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1. INTRODUCTION 

“Should we be equal discussion partners? Well, quite a lot needs to be done to achieve 
that, and I’m worried. What is our impact? We may feel it, but I want to actually see it.” 

This is a comment from a patient reviewer during an evaluation meeting on patient 
involvement at a large health research foundation in the Netherlands. The comment 
illustrates the eagerness, and impatience, of patients (or patient representatives) to have 
a voice at the decision-making table in health research. It also reveals some doubt about 
what the patients’ role in health research decision-making should entail. Last, this patient 
reviewer’s concern illustrates that patient involvement in health research decision-making 
cannot be considered mainstream in the Netherlands. 

Our current Western health research system is under pressure. Certain aspects of the 
system and its prevalent paradigm compromise its competency to improve patients’ health-
related quality of life (Broerse, Elberse, Caron-Flinterman, & Zweekhorst, 2010).

First, the biomedical model prevalent in our health research system heavily relies on 
randomised controlled trials (RCTs) as research method. However, in RCTs a bias exists in 
research design favouring simple causal connections and immediate solutions, quantitative 
research over qualitative research, and monodisciplinary research over multidisciplinary 
research (Schuitmaker, 2013; Levitt & Thelwall, 2008). This research paradigm co-developed 
with an increasing reliance on Evidence Based Medicine (EBM)1 in healthcare practice 
(Broerse, Elberse, Caron-Flinterman, & Zweekhorst, 2010). And although EBM has been 
acclaimed for its applicability in clinical practice (Darlenski, Neykov, Vlahov & Tsankov, 2010), 
criticism exists regarding the evidence hierarchy established by EBM in which accumulated 
scientific evidence such as systematic reviews and meta-analyses are considered superior 
to clinical expertise and patient experiences and values (Isaac & Franceschi, 2008). Together 
with the challenges that high levels of specialisation in the medical sector pose for the 
coordination of care (Bodenheimer, 2008), the biomedical model insufficiently acknowledges 
the complexity of the individual’s contextualised experience of illness (Wilson, 2000) in 
clinical practice. This knowledge-hierarchical and positivist focus of health research 
insufficiently recognises patient perspectives (Rosner, 2012) and patient diversity (Kravitz, 
Duan, & Braslow, 2004; Wieringa, Hardon, Stronks, & M’charek, 2005). Thus, “reductionism 
and specialisation are regarded as holding back the attention for disease-transcending 
research topics, such as co-morbidity or fatigue […]” (Caron-Flinterman, 2005, p. 56). 

1 EBM is defined as “the conscientious, explicit, and judicious use of current best evidence in making decisions 
about the care of individual patients. The practice of evidence-based medicine means integrating individual clinical 
expertise with the best available external clinical evidence from systematic research. […] By best available 
external clinical evidence we mean clinically relevant research, often from the basic sciences of medicine, but 
especially from patient centred clinical research into the accuracy and precision of diagnostic tests (including the 
clinical examination), the power of prognostic markers, and the efficacy and safety of therapeutic, rehabilitative, 
and preventive regimens” (Sackett, Rosenberg, Gray, Haynes, & Richardson, 1996, p. 71).
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1
Second, mismatches have been identified between the research agendas as well as 

activities of researchers and the research needs of patients (Petit-Zeman, Firkins, & 

Scadding, 2010; Tallon, Chard, & Dieppe, 2000). Generally, patients do not share the RCT-

based interventionist focus of researchers, but prioritise a broader range of research, 

including quality of treatment from the patients’ perspective, prevention research, and 

research on patients’ psychosocial well-being (Abma, 2005a; Grant-Pearce, Miles, & Hills, 

1998; Tallon et al., 2000). Grant-Pearce, Miles, and Hills (1998) suggest this mismatch 

between the research priorities of professionals and patients could be caused by differences 

in values and life experience; understanding of science and technology; and access to 

decision-making structures. As a result, newly developed innovations do not always address 

relevant problems in current health practices, nor meet the needs of patients 

(Gezondheidsraad, 2016).

Third, the positivistic, monodisciplinary and interventionist aspects of health research are 

reproduced through a self-governing system of peer evaluation. The primary reward 

structure of the current health research system, peer-reviewed publications, favours 

interventions of which the effectiveness can be measured and improved based on 

positivistic methodologies (Levitt & Thelwall, 2008). A similar mechanism takes place in 

proposal appraisal, in which researchers are evaluated by peers: novel research ideas which 

deviate from the conventional research paradigm are systematically disadvantaged in grant 

allocations (Boudreau, Guinan, & Lakhani, 2012; Nicholson & Ioannidis, 2012). This enhances 

researchers’ interdependence, encouraging them to align to the dominant paradigm. It 

impedes actors to contribute to a systemic innovation, especially considering the high 

competition and high level of career uncertainty amongst academics (Paul-Hus, Desrochers, 

de Rijcke, & Rushforth, 2017). 

Decision-making in health research has traditionally been the domain of an elite group of 

stakeholders, mainly comprising qualified academics and medical specialists involved in 

research (Broerse, Elberse, et al., 2010). This has contributed to the supply-oriented nature 

of the health research system, with limited attention to the contextualisation of the produced 

knowledge and innovations, and poor responsiveness to the concerns and needs of patients. 

Many scholars and healthcare professionals have argued that more reciprocal communication 

between researchers, healthcare professionals and patients is an avenue for improvement 

to enhance the applicability, utility and acceptability of health research (Whitstock, 2003). 

In literature, three arguments advocating patient involvement can be discerned (Telford, 

Beverley, Cooper, & Boote, 2002). First, there is a normative imperative to involve those 

who are most directly affected by health research outcomes (Goodare & Smith, 1995). From 

this democratic point of view, all relevant stakeholders should have a voice in decision-

making processes regarding publicly funded research (Entwistle, Renfrew, Yearley, Forrester, 

& Lamont, 1998). Second, if patients are involved in research decision-making, societal 

support for the research executed is enhanced (Abma & Broerse, 2010). This is called the 

instrumental argument; indeed, accountability is a growing concern of research funding 
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bodies (Rowe & Frewer, 2000). Last, the substantive argument emphasises the unique 
perspective patients can offer on health and disease. The knowledge based on the daily 
experience of patients of living with a disease and its consequences – called experiential 
knowledge - is complementary to the knowledge of researchers and healthcare professionals 
or can place this knowledge in a wider perspective (Caron-Flinterman, Broerse, & Bunders, 
2005; Entwistle et al., 1998; Jenny Popay & Williams, 1996). 

The debate to involve patients in health research decision-making does not take place in 
isolation. The interaction between actors in research and innovation and societal 
stakeholders is increasing. For instance, the concept of Responsible Research and 
Innovation (RRI) has gained considerable momentum since it was positioned as a cross-
cutting issue in the EU framework program for research and innovation (Horizon2020). RRI 
aims for “societal actors and innovators [to] become mutually responsive to each other 
with a view to the (ethical) acceptability, sustainability and societal desirability of the 
innovation process […]” (von Schomberg, 2013, p. 70). Similarly, in the Dutch context, 
nineteen private, non-profit, disease-specific health funds under the umbrella organisation 
Collaborative Health Funds (Samenwerkende GezondheidsFondsen) have drafted a 
collective policy-vision on their envisioned role and position in research and innovation 
policies (Horlings, van Egmond, Belder, & van Drooge, 2015). 

Despite the argued and demonstrated benefits of involving patients and the alignment of 
this concept with broader socio-scientific themes, the mainstreaming of patient involvement 
in health research has proven problematic, also in the Dutch context. Initiatives are often 
one-off events with success remaining dependent on enthusiastic, committed individuals, 
and the organisational embedding of these initiatives proves challenging (Elberse, de Boer, 
& Broerse, 2017). Additionally, tokenism is a recurring issue in patient involvement literature 
(e.g. Beresford, 2007; Domecq et al., 2014); window-dressing occurs when patients are 
primarily involved in decision-making procedures to please the research funder or enhance 
the legitimacy of the decisions taken, without taking the contributions of the patients (or 
their representatives) into serious consideration in decision-making (Beresford, 2007). This 
difficulty in sustainably embedding meaningful patient involvement in health research 
decision-making can be understood by unravelling systemic mechanisms that favour RCT-
driven research. As has been argued by Elberse et al., (2017) and will be shown in this 
thesis, the health research system is currently not configured to structurally involve patients 
meaningfully in its decision-making processes; prevailing features impede the inclusion of 
the patients’ perspective, which implies making the health research more patient-centred 
is a persistent challenge (Schuitmaker, 2012). As a result, a system innovation in which 
systemic mechanisms are overcome is required to move towards meaningful and 
sustainable patient involvement in health research decision-making. 

Therefore, the aim of this thesis is to analyse and enhance meaningful and sustainable 
patient involvement in health research decision-making, in order to make the health 
research system more responsive to the perspectives of patients. 
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1
THESIS OUTLINE 

This thesis consists of four parts. Part A sets the stage regarding patient involvement in 

health research decision-making. After this introductory chapter we elaborate on the central 

concepts and offer the overarching theoretical framework of this thesis in Chapter 2. 

Subsequently, Chapter 3 provides an overview of the chosen research approach and case 

studies to address the aim and research questions central to this thesis. Also, aspects 

regarding research ethics and validity are described. 

To incorporate patients’ research needs meaningfully in health research decision-making, 

we investigate what these needs and their contexts entail. Therefore, in Part B, patients’ 

research needs are put centre stage. In two case studies (Chapter 4 and Chapter 5), 

research agendas for patients with haematological cancers and people with visual 

impairments, respectively, are articulated. Both case studies were patient-driven, indicating 

the growing awareness of patients of the value of their experiential knowledge in health 

research decision-making. In this respect, the research projects can be considered 

exemplary of setting a research agenda from the patients’ perspective. The methodological 

challenges associated with setting a research agenda in a divided patient community are 

discussed in Chapter 6. We argue that the evaluation of a research agenda-setting process 

reveals a thus far implicit underlying condition of the employed Dialogue Model, which 

may affect research agenda-setting processes for other patient communities in the future. 

As outlined in the theoretical framework of this thesis, to sustainably involve patients in 

health research decision-making, a new way of organising, thinking and acting is required. 

Part C of this thesis is dedicated to two case studies which provide insights into systemic 

features influencing this system innovation. Sustainably embedding patient involvement 

in proposal appraisal at a research-funding agency is examined in Chapter 7. The 

meaningfulness and sustainability of an established collaboration with patients in an 

academic hospital is evaluated in Chapter 8. 

In Part D, Chapter 9 of this thesis, the lessons drawn from each of the case studies are 

discussed and interlinked. The meaningfulness of patient involvement in each case study 

is examined and the systemic features in culture, structure, and practice to involve patients 

meaningfully and sustainably in health research decision-making are unravelled. Also, the 

theoretical implications of the findings regarding the theory of system innovation are 

discussed. This chapter concludes with methodological considerations regarding this thesis, 

and suggestions for future research in the field of patient involvement in health research 

decision-making.
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2. THEORETICAL BACKGROUND

In this chapter we introduce the central concepts and theoretical framework that underlie 

this thesis’ research. First, patient involvement and the health research system are 

conceptualised. Second, the interpretation of meaningfulness with respect to patient 

involvement and the issue of tokenism is considered. Third, the sustainability of patient 

involvement in health research is discussed, outlining the need and value of adopting a 

systemic perspective. Fourth, to enhance meaningful and sustainable patient involvement 

in health research decision-making, it is argued that a profound change in the health 

research system is needed. We applied system innovation and transition theory to both 

unravel and overcome the systemic features which may influence meaningful and 

sustainable patient involvement in health research decision-making. 

2.1 PATIENT INVOLVEMENT IN THE HEALTH RESEARCH SYSTEM: 
DEFINING CENTRAL CONCEPTS 

Patients

Despite a dearth of academic studies regarding the topic of patient involvement, consensus 

on a shared terminology is lacking in literature (Gallivan, Burns, Bellows, & Eigenseher, 

2012). The word ‘patient’ is often used interchangeably with ‘consumer’, ‘client’ or ‘user 

of health services’ in the context of involvement. However, each of these terms carries 

implicit overtones (Herxheimer & Goodare, 1999). For example, ‘patient’ is the term 

traditionally used by doctors, nurses and other healthcare professionals for those who 

come to them with an illness or a symptom seeking advice and treatment (Herxheimer & 

Goodare, 1999). To some academic researchers and people receiving healthcare, the term 

‘patient’ may however carry connotations of passivity or deference to physicians (Deber, 

Kraetschmer, Urowitz, & Sharpe, 2005; Neuberger, 1999). Alternative terms, such as 

‘consumer’, ‘customer’ or ‘client’, may carry a commercial connotation, implying that 

medical services are purchasable commodities with roles for the presumed ‘buyers’ and 

‘sellers’ of healthcare (Ibid). The term ‘user of health services’ could be a neutral catch-all 

term for all those who use, have used, or may use any health service; however, to some 

people it may be too reminiscent of terms relating to drug use or misuse (Herxheimer & 

Goodare, 1999). 

Following Tallis (1999) and basing our choice on empirical research investigating the 

preference of people receiving healthcare and what they themselves prefer to be called, 

we will use the term ‘patient’ in this thesis, which we define in the context of patient 

involvement as: 
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2

people who are (or have been) diagnosed with a certain condition, and who voice their 

needs and concerns in health research concerning this disease or disorder.2 

When patients connect their own experience with the illness with those of their peers, 

thereby evolving the ‘I-story’ to the ‘we-story’, participants are referred to as ‘patient 

representatives’ (Pittens, 2013). When participating as full members of a research team, 

patients may be called ‘patient research partners’ (Elberse et al., 2009). The wider public, 

often included in patient and public involvement (PPI)-research, has not been included in 

the research underlying this thesis. 

Patient involvement

As with the term ‘patient’, there is no terminological consensus to indicate the collaboration 

between patients and other stakeholders. The terms ‘involvement’, ‘participation’ and 

‘engagement’ are most often used, but each of these terms is subject to interpretation 

depending on the research field as well as changes as time progresses (Barello, Graffigna, 

Vegni, & Bosio, 2014). For example, in biomedical research the term ‘engagement’ is 

conceptualised as a tool for health self-management, in nursing and care research it focuses 

on patients’ self-awareness, and in mental health research engagement is conceptualised 

as clinical alliance (Barello et al., 2014). Similarly, in some contexts ‘patient participation’ 

is interpreted as information sharing or communicating at the level of consultation (Eldh, 

Ekman, & Ehnfors, 2006), whereas in clinical research ‘participation’ often refers to the 

enrolment of patients in clinical trials. Furthermore, Forbat, Hubbard, & Kearney (2009) 

have shown that ‘patient involvement’ is interpreted in different ways in policy and practice: 

to some healthcare professionals it may equal patient satisfaction, to other clinicians it 

entails listening to patients on a day-to-day basis, while patients often perceive it as making 

a difference to other’s care. 

Distinguishing between the terms ‘involvement’, ‘participation’ and ‘engagement’, there 

seems to be a subtle semantic difference between ‘involvement’ and ‘engagement’ on 

the one hand, and ‘participation’ on the other. In attempts to conceptualise patient 

involvement, emphasis has traditionally been placed on the degree of control or power of 

the stakeholders involved: the ladder of citizen participation conceived by Arnstein (1969) 

can be considered seminal in this regard. Although this hierarchical representation has 

been challenged by more recent scholars (Tritter & McCallum, 2006), the degrees of control 

and power distribution of patients vs. researchers still tend to pervade many models (Forbat 

et al., 2009). In this regard, Thompson claims that “the main distinguishing feature between 

patient involvement and patient participation concerns the […] degree of transfer of power 

2 We have kept our choice of terms consistent throughout this thesis, with one exception: in Chapter 5, people 
with visual impairments or an ophthalmological disorder are referred to as ‘consumers’. This adjustment was 
made upon an explicit request by the USA-based journal (Journal of Visual Impairments and Blindness) in which 
the article is published. It demonstrates the country-specific connotations attached to each term, as has been 
described by Gallivan et al. (2012).
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from the professional to the patient in the form of increased knowledge, control and 

responsibility” (2007, p. 1307). Between the terms ´involvement´ and ´engagement´ 

however, no difference in meaning can be discerned in literature; both terms are used 

interchangeably (Fumagalli, Radaelli, Lettieri, Bertele, & Masella, 2015) and the choice 

seems to depend on the author’s preference. 

This diversity in terminology and interpretation can be problematic because it disperses 

valuable insights between different research streams (Fumagalli et al., 2015) and impedes 

the development of patient involvement in academia and practice (Forbat et al., 2009). In 

this research, we have chosen to conceptualise patient involvement from an epistemological 

viewpoint and consistently speak of patient involvement. This choice acknowledges the 

existence of different experiences of truth; health research can be interpreted from different 

perspectives. Although by including the patient’s view in the collaborative decision-making 

processes the hegemony of medical knowledge is challenged and power imbalances are 

addressed (as argued by Forbat et al., 2009), a reciprocal dialogue is the focus point of our 

interpretation of patient involvement. Thus, we define patient involvement as:

research (decision-making) being carried out in collaboration ‘with’ patients rather than 

‘to’, ‘about’ or ‘for’ them. 

Health research system

The health research system sits at the intersection of the healthcare system and the general 

research system. It spans a broad range of disciplines, ranging from biomedical research 

to care research, aiming to contribute to the improvement of individual’s and public health 

through scientific enquiry (Pang et al., 2003). Key actors in the field include: researchers 

employed in the public or private sector, healthcare professionals (especially medical 

specialists), funding agencies (such as charity foundations), the national government, the 

(pharmaceutical) industry, and patient organisations. These actors interact in a relatively 

stabilised manner (Caron-Flinterman, Broerse, & Bunders, 2007). 

The rise of EBM in healthcare practice encourages epidemiological and bio-statistical 

manners of thinking (Davidoff, Haynes, Sackett, & Smith, 1995) and hierarchically ranks 

scientifically valid (or the best currently available) evidence: systematic reviews, meta-

analyses and randomised controlled trials are considered superior to clinical expertise and 

patient values (Isaac & Franceschi, 2008). Because of the positivistic and knowledge-

hierarchical nature of most health research, decision-making is dominated by qualified 

academics and medical specialists involved in research (Broerse, Elberse, et al., 2010), 

whereas attention to the contextualisation of the produced knowledge and innovations, 

and responsiveness to the concerns and needs of patients is limited. Hence, one can argue 

that the dominant paradigm in the health research system restrains the meaningful and 

sustainable involvement of patients in health research decision-making. 
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Patients can be involved in the health research system’s myriad of disciplines and in one or 

more of its various stages. First, patient involvement has been evaluated in studies ranging 

from bench to bedside, including biomedical (Caron-Flinterman, Broerse, & Bunders, 2005), 

translational (Callard, Rose, & Wykes, 2012), and clinical research (Goodare & Lookwood, 

1999; Lloyd & White, 2011; Sacristán et al., 2016). Additionally, patients have been involved 

in other health research domains, such as health technology assessment (Facey, Hansen, 

& Single, 2017), systematic reviews (Boote, Baird, & Sutton, 2011; Pollock et al., 2017), and 

responsive evaluation (Abma, 2005b, 2006b). Second, during each stage of the research 

cycle opportunities to involve patients can be identified. Setting the research agenda and 

identifying research questions from, or including, the perspective of patients is most 

common (Abma & Broerse, 2010; Boote, Wong, & Booth, 2015; Domecq et al., 2014; 

Elberse et al., 2017) and can be (co-)initiated by patient organisations, funding agencies or 

researchers’ associations. Additionally, funding agencies can -and increasingly do- involve 

patients in proposal appraisal3,4 (Andejeski, Breslau, et al., 2002; Fleurence et al., 2014; 

O’Donnell & Entwistle, 2004b; Teunissen, Visse, Laan, et al., 2013). During the process of 

designing research, patients can be involved in formulating consent procedures and patient 

information sheets, reviewing the data collection procedures, making recommendations 

regarding the recruitment and follow-up of potential participants (Boote, Baird, & Beecroft, 

2010) and defining outcome measures (de Wit, Abma, Koelewijn-van Loon, Collins, & Kirwan, 

2013). In mixed research teams, patients can be employed as research partners in paired 

interviewing, co-analysis and co-writing, for example (Nierse, Schipper, van Zadelhoff, van 

de Griendt, & Abma, 2012). Last, patients can contribute to the evaluation, dissemination 

and implementation of research results (McLaughlin, 2006). Whilst some scholars argue 

that patient involvement throughout the entire research cycle yields the most impact (Abma, 

Nierse, & Widdershoven, 2009; Brett et al., 2014), others believe that patients should be 

involved only at those stages when their experiential knowledge can best contribute a 

complementary perspective such as “at the funding, reviewing and dissemination stages, 

for which specialist knowledge and training are not necessary and in which the democratic/

cooperative ideal can be fully expressed” (Ives, Damery, & Redwod, 2013, p. 183). Without 

taking a normative stand in this debate, this thesis focuses on the involvement of patients 

in decision-making processes which initiate, guide and evaluate health research, rather than 

on their contribution to the execution of research itself. Figure 2.1 illustrates the research 

cycle with all above-described opportunities to involve patients, as well as the parts of the 

research cycle this thesis focuses on. 

3 Hartstichting, ‘Commissie Maatschappelijke Kwaliteit (CMK)’, https://www.hartstichting.nl/wetenschappers/
commissie-maatschappelijke-kwaliteit. Date last accessed: 05/02/2018

4 ZonMW (2017) ‘Beleidsspeerpunt participatie’, https://www.zonmw.nl/nl/over-zonmw/participatie/. Date last 
accessed: 05/02/2018
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2.2 MEANINGFULNESS OF PATIENT INVOLVEMENT IN HEALTH 
RESEARCH DECISION-MAKING

Involving patients in health research is only beneficial to the process and outcomes of 

decision-making when this involvement can be considered meaningful. To enhance 

meaningful patient involvement, patients or their representatives need to be included in 

the decision-making process on the basis of their experiential knowledge, rather than 

the knowledge acquired through their (former) occupation or their familiarity with medical 

information. Caron-Flinterman, Broerse and Bunders define experiential knowledge as 

“the often implicit, lived experiences of individual patients with their bodies and their 

illnesses as well as with care and cure” (2005, p. 2576), which enable patients to cope 

with their condition in daily life. Accepting patients’ experiential knowledge as a legitimate 

source of expertise implies that stakeholders adopt a social constructivist perspective 

on science, acknowledging that the inclusion of multiple perspectives enriches knowledge 

acquisition (Prior, 2003; Wilson, 2000). Another condition of meaningful patient 

involvement is that patient input must be reflected in the legitimacy and rationality of 

the decision-making process (Caron-Flinterman, 2005). Broerse, Elberse, Caron-

Flinterman, & Zweekhorst (2010) have distinguished six grounding principles for realising 

meaningful patient involvement in research agenda setting. These principles are 

operationalised in the Dialogue Model, which has been developed to incorporate the 

patient perspective in research agenda setting. However, the principles are equally 

Research 
agenda-setting

Research 
Programming

Writing 
Research 
Proposals

Proposal 
Appraisal

Research Design 
&  Conduct

Research 
Evaluation 

Dissemination & 
Implementation 

of results

Patient 
involvement

Figure 2.1. Each stage of the research cycle provides opportunities to involve patients. Shaded boxes indicate the 
stages in the research cycle that this thesis focuses on. (Patient involvement in research design and conduct is less 
extensively researched in this thesis than research agenda-setting and proposal appraisal, therefore it is less heavily 
shaded). 
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valuable for patient involvement in other stages of the research cycle: 

•  the active engagement of patients, meaning that extra attention should be paid to 

incorporate this stakeholder group in the decision-making process; 

•  conducive social conditions such as openness, trust and respect are needed to realise 

a genuine dialogue between the stakeholders; 

•  respect for experiential knowledge, meaning that one should aim to understand patients’ 

questions and concerns so as to incorporate them in the decisions; 

•  a genuine dialogue providing an opportunity for stakeholders to listen to each other and 

learn about their own and each other’s perspectives and experiences, which may lead 

to an adjustment of the participants’ opinions; 

•  emergent and flexible design allowing unexpected issues to be addressed by adjusting 

the research plan;

•  process facilitation, executed by an independent party (with no stake in the outcome) to 

facilitate the above conditions required for successful participation and dialogue. 

In line with the above-described conditions and guiding principles, Caron-Flinterman (2005) 

distinguishes between process and outcome objectives in effective patient participation 

in research agenda setting: (a) legitimate and rational procedures have been followed, (b) 

the resulting end product is useful and adequately reflects the patients’ perspective, and 

(c) a mutual learning process between the stakeholders has taken place. In this thesis, we 

have translated these three objectives for effective patient participation in research agenda 

setting as objectives for meaningful patient involvement in health research decision making. 

As the semantic differences between the concepts involvement vs. participation and 

effectiveness vs. meaningfulness are subtle we define meaningful patient involvement as 

follows, and subsequently go into further depth regarding the operationalisation of this 

definition: 

The involvement of patients (or their representatives) in health research decision-

making processes on the basis of their experiential knowledge, thereby enhancing the 

legitimacy and rationality of the decision-making process and encouraging a mutual 

learning process between the stakeholders. 

To assess the effectiveness of patient involvement, Caron-Flinterman (2005) has reviewed 

evaluative criteria from a wide range of scholars. Based on this literature, Caron-Flinterman 

(2005) has constructed an insightful evaluative framework for effective patient involvement 

in research agenda-setting which has been applied in other patient involvement settings 

as well (Pittens, 2013). We have used the evaluative framework from Caron-Flinterman 

(2005) as the basis for our evaluation of the meaningfulness of patient involvement in 

various stages of the research decision-making process. We have updated this framework 

with insights from studies that were either published more recently, or that had a broader 

scope than patient involvement in research agenda setting. Also, we responsively refined 

the criteria when deemed relevant by the stakeholders involved. 
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Process Criteria
• Stakeholder representation: participants should adequately represent all relevant 

stakeholder communities, including representatives from all relevant healthcare 

disciplines and from appropriate patient communities (Abelson et al., 2003; Rowe & 

Frewer, 2000; Webler & Tuler, 2000). Also, all stakeholders’ presence should be equal 

in numbers, with rather more than fewer patient representatives, compared to 

professionals (Elberse, Caron-Flinterman, & Broerse, 2011; Laird, 1993). Additionally, 

we argue that empowerment of patient representatives, by supporting them to convey 

their own story, is also important to effectively represent the patients’ perspective 

(Robinson, Newton, & Dawson, 2012; Supple et al., 2015). This may be facilitated by 

the availability of informational, human, material and time resources (Rowe & Frewer, 

2000) as well as providing training to enable both researchers and other stakeholders 

to understand their roles and to have the knowledge necessary to fulfil those roles 

(Frank et al., 2015). 

• Process structure: a clear and transparent process structure, in which all participants 

know and understand the objectives, each other’s roles, and the information gathering 

and decision-making processes, contributes to meaningful patient involvement (Rowe 

& Frewer, 2000; Webler & Tuler, 2000). Additionally, clarity and demarcation of the scope 

of patient involvement is also important (Rowe & Frewer, 2000). De Wit, Elberse, Broerse 

and Abma (2015) point out that the criteria demarcating which research projects are 

suitable for involving patients, are currently lacking. Furthermore, patients should be 

consulted directly regarding their views, (research) needs and priorities as early in the 

process as possible (Abelson et al., 2003; Rowe & Frewer, 2000; Webler & Tuler, 2000). 

In the framework established by Caron-Flinterman (2005), explicit incorporation of all 

stakeholder input in the discussions and outcome is included within this criterion 

(Driessen, Glasbergen, & Verdaas, 2001; Fiorino, 1990; Laird, 1993; Webler & Tuler, 2000). 

However, we have decided to also assess participants’ reflections in the discussions 

under this criterion and to move the explicit incorporation of their input with regards to 

decisions to the direct outcome measures. Moreover, we have added the assessment 

of multidirectional communication among all stakeholders, rather than unidirectional 

communication. Interaction can be facilitated by direct face-to-face meetings, email and 

online sharing, or other more structured forums (Frank et al., 2015). 

• Process management: process managers and facilitators should be independent and 

indifferent with regard to the outcomes of the process in order to ensure legitimacy 

(Rowe & Frewer, 2000). Also, participants should be -and perceive to be- treated equally 

and be granted equal access to information and other resources (Abelson et al., 2003; 

Fiorino, 1990; Laird, 1993; Rowe & Frewer, 2000; Webler & Tuler, 2000). An open and 

respectful atmosphere contributes to constructive interaction and mutual learning 

between participants (Abelson et al., 2003; Driessen et al., 2001; Fiorino, 1990; Halvorsen, 

2003; Laird, 1993; Webler & Tuler, 2000). Supple et al. (2015) also note the importance 

of inviting patients to provide feedback about the collaboration’s progress. 
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Outcome criteria
• Direct outcome: consensus on the result of the collaborative effort is a direct outcome 

criterion defined as by Abelson et al. (2003). The inputs and perspectives of all participants 
should be reflected in the result and participants should be able to recognise their own 
contribution to it (Beierle & Konisky, 2000; Driessen et al., 2001; Irvin & Stansbury, 2004). 
Furthermore, the practicality and chance of implementation into policy or future action are 
measurable direct outcomes. Frank et al. (2015) add the need to form and maintain a 
research partnership between all stakeholders in order to evaluate more long-term 
collaborations. 

• Indirect outcome: a mutual learning process regarding substantial, procedural and/or 
reflective matters is an indirect outcome criterion (Guston, 1999; Irvin & Stansbury, 2004). 
In addition, the development of mutual trust between the stakeholders can be evaluated 
(Boote et al., 2002). 

One of the pervading issues in patient involvement is that of tokenism: situations in which 
patient involvement is seen as a ‘tick the box’ exercise rather than a meaningful contribution 
to the decision making-process (Snape et al., 2014). The danger of window-dressing was 
already a concern more than 15 years ago (Harrison & Mort, 1998) and continues to exist 
in more recent studies (Brett et al., 2014; Li, Abelson, Giacomini, & Contandriopoulos, 
2015). Tokenism underlines the need for criteria, defined using the process and outcome 
of involvement as described above, in order to assess the meaningfulness of patient 
involvement. Various scholars point out that there is a circular argument which needs to 
be tackled when dealing with tokenism: for patients to contribute meaningfully to the health 
research process, much more than tokenistic inclusion or consultation is required. However, 
in tokenistic situations, patients are asked and/or allowed to contribute only to aspects of 
the research process with little significance to the researchers, making them ultimately 
unable to prove their value with regards to more significant or relevant issues (Ives et al., 
2013; Ocloo & Matthews, 2016). Moreover, when patients are consulted in research 
decision-making, in tokenistic situations their input can still be side-lined or ignored (Abelson 
et al., 2003; Elberse et al., 2011). Therefore, scholars warn that patient involvement should 
not be taken lightly; “if the costs in terms of resources, training, support, timescale and 
remuneration are not addressed, the research [in which patients are included] will be 
undermined and in danger of becoming tokenistic” (McLaughlin, 2006, p. 1395).

Several scholars have indicated that systemic embedding of patient involvement in health 
research decision-making processes is needed to prevent tokenism, including organisational 
and financial support (Brett et al., 2014; Minogue, Boness, Brown, & Girdlestone, 2005; 
Smith et al., 2008). Also, explication of the values and assumptions underlying patient 
involvement in research is needed; currently, if researchers involve patients, such activities 
are predominantly based on instrumental arguments rather than ideological ones (Beresford, 
2003; Brett et al., 2014). Although differences in stakeholders’ motives to involve patients 
(or to become involved) do not necessarily lead to tokenism, it is important to explicate 
these underlying assumptions and goals. 
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2.3 SUSTAINABILITY OF PATIENT INVOLVEMENT IN HEALTH 
RESEARCH DECISION-MAKING

The sustainable involvement of patients in health research decision-making requires a 

health research system that is configured to view the incorporation of the patients’ 

perspective as common practice. In such a health research system, patient involvement 

is considered ‘business as usual’, which will have an impact on culture, structure and 

practice, as developed and defined by, amongst others, Rotmans & Loorbach (2009) and 

van Raak (2016). 

• Culture: the majority of key-players within the system agree that the patient’s perspective 

has added value for health research; they acknowledge patients’ experiential knowledge 

as a relevant, complementary source of knowledge (Caron-Flinterman, Broerse, & 

Bunders, 2005) and that stakeholders’ criteria for good research depend not solely on 

scientific excellence, but also on the social robustness of the knowledge produced 

(Nowotny, Scott, & Gibbons, 2001). 

• Structure: a health research system that is fully equipped to structurally involve patients 

in its decision-making process has regulations, procedures, (economic and physical) 

resources, and (social and physical) infrastructures which facilitate structural patient 

involvement. Organisational infrastructures, which reflect the overarching system’s 

structural features, sustain patient involvement through their commitment to financing 

the collaboration, and by making involvement a priority at multiple organisational levels 

(Howe, Macdonald, Barrett, & Little, 2006). Also, sufficient time, money and resources 

are made available for sustained patient involvement (Howe et al., 2006).

• Practice: these cultural and structural features of a health research system which 

structurally involves patients in decision-making, are also enacted in practice. Researchers, 

policy-makers and healthcare professionals have established long-term, mutual 

relationships with patients (or patient representatives) (Gray, Fitch, Davis, & Phillips, 2000; 

Howe et al., 2006) and are competent with regards to involving patients meaningfully in 

the decision-making process, for example by adjusting their discourse and routines to 

allow non-scientific experts to join the conversation and activities (Elberse et al., 2011). 

When patient involvement is not considered an axiomatic component of the health research 

system, activities involving patients are often confined to one-off initiatives with little 

follow-up or continuation (Elberse et al., 2017). Such isolated patient involvement practices 

often revolve around participatory research agenda setting. Indeed, the numbers of research 

agendas set from the perspective of, or in collaboration with, patients has proliferated (see 

e.g. the James Lind Alliance5 for the priority setting partnerships in the UK). Three factors 

explain this development. First, a number of thoroughly validated methodologies to involve 

patients in this stage of research have been established (Abma & Broerse, 2010; Cowan 

5 James Lind Alliance (2017), http://www.jla.nihr.ac.uk/priority-setting-partnerships/. Date last accessed: 
05/02/2018
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& Oliver, 2016), providing practical guidance to newcomers to the field of patient 

involvement. Second, setting a research agenda from (or including) the patients’ perspective 

is a step in the research cycle with a clearly defined and tangible end product. This aligns 

well with the goals of funding agencies and policy-makers. Third, because of the isolated 

nature of participatory research agenda-setting, relatively few and small adjustments to 

existing decision-making structures and practices are required (Elberse et al., 2017). 

However, several scholars indicate that despite the popularity of participatory research 

agenda setting, patients’ structural involvement in decision-making and their influence on 

other parts of the research cycle remain limited. For example, Elberse, de Boer, and Broerse 

pose a rhetorical question: “whether, after participatory [research] agenda-setting, it will 

not be ‘business as usual’, i.e. professionals once again dominate decision-making 

processes on what topics are researched in health research” (2017, p. 245).

Compared to most other welfare states, patient involvement in health research decision-

making is relatively well-developed in the Netherlands: Dutch academics have pioneered 

the development of a participatory research agenda-setting methodology (Abma & Broerse, 

2010) and nowadays, governmental and private research funding agencies are increasingly 

incorporating patients (or patient representatives) in their decision-making structures, as is 

also described in Chapter 7 of this thesis. Practical knowledge and experience regarding 

patient involvement in health research, care and policy decision-making is shared on the 

online platform Participatiekompas, with the goal of providing guidance and inspiring patients 

(or patient representatives), researchers and policy-makers to start experimenting with 

patient involvement. Indeed, some academics and policy-makers in the Netherlands even 

wonder whether more formal patient involvement is feasible or desirable (van de Bovenkamp, 

Trappenburg, & Grit, 2010). Similar developments in patient involvement have taken place 

in the UK, where the NHS-funded national advisory group INVOLVE aspires to “bring 

together expertise, insight and experience in the field of public involvement in research, 

with the aim of advancing it as an essential part of the process by which research is 

identified, prioritised, designed, conducted and disseminated”6. Progress is also made in 

the USA; in 2012 the American Congress the independent non-profit NGO Patient-Centered 

Outcomes Research Institute (PCORI). The institute’s mission statement is “to fund research 

that can help patients and those who care for them make better-informed decisions about 

the healthcare choices they face every day, guided by those who will use that information”7. 

Outside of these notable exceptions in the UK and the USA (and smaller-scaled initiatives 

in Canada, Australia, and Taiwan) patient involvement in health research decision-making is 

rather scarce in health research systems worldwide (Scott & Wale, 2017). 

Despite the seemingly well-embedded position of patient involvement in The Netherlands, 

there is evidence that the conventional health research system is not yet sufficiently 

6 INVOLVE (2018) http://www.invo.org.uk/ Date last accessed: 05/02/2018
7 PCORI (2018) https://www.pcori.org/about-us Date last accessed: 05/02/2018
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configured to sustainably involve patients in decision-making processes, and that systemic 

features are encountered when attempting to change this, even in The Netherlands. Elberse 

et al. (2017) describe how successful initiatives are being replicated on the individual level, 

but they claim that the involvement of patients is still far from being common practice. 

Similarly, Boaz, Biri, and Mckevitt (2016) provide evidence that health researchers maintain 

‘Mode 1 academic attitudes and values, despite the changing currents on the surface’ 

(2016, p. 600); this implies that key-players in the field have not (yet) internalised the values 

and assumptions of patient involvement, nor incorporated it into their daily practice.

In response to this concern, research has been conducted on systemic features limiting 

and facilitating patients’ sustainable involvement in health research decision-making. 

First, Caron-Flinterman et al. (2007) have described dominant structures and practices 

within the biomedical research system that can be considered obstacles to patient 

involvement. Although this research was published over a decade ago, the findings of this 

research are still relevant today. They mention a few obstacles: (1) a low sense of urgency 

amongst researchers to involve patients; (2) impeding financing structures and procedures; 

(3) reductionism and specialisation of the biomedical research community, and (4) a 

conservative scientific paradigm shared by many researchers, in which autonomy and 

scientific curiosity play a dominant role. 

Second, Callard, Rose, and Wykes (2012) describe the challenges of patient involvement 

in all phases of translational research. They mention a number of limiting factors, namely: 

(1) a power imbalance between patients and scientists, (2) a prevalent understanding 

amongst scientists of their role as educators of the public regarding the complexities of 

scientific research, rather than interlocutors in a dialogue, (3) a lack of conviction amongst 

scientists that their research can benefit from patient involvement, (4) a dominant positivistic 

paradigm precluding the additional value of experiential knowledge, and (5) anxiety that 

patients are insufficiently equipped or competent to participate objectively on abstract 

topics. According to Callard, Rose, and Wykes, these factors contribute to an explanation 

of why “changing research cultures and developing new collaborative partnerships is 

undoubtedly a difficult and slow process” (2012, p. 397). 

Third, Elberse (2012) lists a number of facilitating features enhancing the involvement of 

patients in health research decision-making, such as the presence of financial resources 

and change agents, the organisation of local meetings with partners, clear agreements, 

insight into the added value by the stakeholders, a ‘personal click’ between stakeholders, 

the presence of neutral monitors, and the creation of visibility and awareness. Barriers in 

practice are also described, such as difficulties identifying suitable tasks for patient research 

partners, a lack of insight in research procedures, a lack of taking initiative, and quick 

communication amongst researchers in the absence of the patient representatives. Barriers 

in culture are listed, including stakeholders who do not recognise the added value of patient 

involvement or who do not give priority to the collaboration, uncertainty about the value 
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of patient expertise when presenting ‘scientific’ evidence, and the use of jargon. Lastly, 

barriers in structure are identified: insufficient support for the collaboration, a lack of 

negative consequences when the collaboration ceases to exist, ambiguity about who is 

responsible for the supervision of the patient representatives, and insufficient available 

hours for the process facilitator. 

These scholars reveal that the factors which influence the sustainability of patient 

involvement are systemic in nature. Moreover, as Schuitmaker (2012) has shown, these 

systemic features are highly stable: (actors in) the system reproduce(s) them, impeding 

structural change. Drawing on these insights, we argue that a system innovation is 

needed to enhance not only meaningful, but also sustainable patient involvement in 

health research decision-making. Aside from the first steps taken by Elberse (2012) alone 

as well as in conjunction with others (Elberse et al., 2017), few scholars have explicitly 

taken a system innovation approach to studying the sustainability of patient involvement 

in health research. By doing so, we are able to identify and understand the mechanisms 

of systemic features influencing this involvement, and to separate them from 

contingencies. Moreover, we aim to overcome these systemic barriers in empirical case 

studies: rather than describing the barriers as unsurmountable, we intended to overcome 

them, following methodological points of departure provided by Metze, Schuitmaker, 

Bitsch, and Broerse (2017).

2.4 SYSTEM INNOVATION IN HEALTH RESEARCH: A THEORETICAL 
REFLECTION

In this section, the theory of system innovations (Elzen, Geels, & Green, 2004) will be 

described concisely. Additionally, notions from the closely related transition theory (Grin, 

Rotmans, & Schot, 2010) are applied, as both theories have explanatory value to describe 

non-incremental innovations which have a profound and irreversible impact on their socio-

technological surroundings. 

A system innovation is defined as “a fundamental change in the dominant way a societal 

need […] is fulfilled” (van den Bosch & Rotmans, 2008, p. 9). System innovations are 

typified as organisation-transcending socio-technological innovations that drastically alter 

the established patterns of action of the involved companies, organisations and individuals 

within the system and the societal structures in which these actions take place (Rotmans, 

2005). This distinguishes system innovations from incremental innovations, in which 

technical changes are accompanied by relatively little alteration of the societal embedding 

(Elzen & Wieczorek, 2005). The emphasis on the socio-technical nature of such radical 

innovations implies that technological changes are accompanied by changes in the 

surrounding social infrastructure (Geels, 2002); in the case of less technology-induced 

innovations, such as patient involvement, the social embedding of the phenomenon is 

equally important. Moreover, system innovations are profound: instead of reforming a 
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system superficially, change agents seek solutions for complex problems that are rooted 

within the structural features of the system. These structural features tend to reproduce 

the problem, making the problem persistent hence making a system innovation necessary 

(Schuitmaker, 2012). 

The complexity of the problem in a system innovation is based on three attributes; (a) multi-

actor: both the problem and the solution involve a wide range of stakeholders who formulate 

different definitions of the problem, and propose an equally wide range of solutions; (b) 

multi-factor: the problem is not caused by a single factor, but is the result of the interplay 

between many interrelated factors, making it impossible to be solved by a single factor; (c) 

multi-level: to solve the problem, change is needed at the micro-level of individual actions, 

at the meso-level of structuring paradigms and rules, and at the macro-level comprising 

wider societal and cultural characteristics and trends (Elzen & Wieczorek, 2005). 

Due to both the reproductive nature and the complexity of the problems at hand, system 

innovations are characterised by a long time frame, typically taking between 20-30 years. 

Moving from an originally technology-oriented scope, concerning for instance the energy 

transition (Rotmans & Loorbach, 2010), agriculture (Klerkx & Leeuwis, 2009) and water 

management (Metze et al., 2017), the theory of system innovations has more recently also 

focused on the analysis of complex problems in healthcare systems (Broerse & Grin, 2017; 

Schuitmaker, 2013). 

To understand the mechanisms behind long-term structural societal changes, scholars in 

transition theory have introduced the multi-level perspective (MLP), which describes the 

interplay between three scale levels of a societal system: niche, regime and landscape 

(Geels, 2002; Rip & Kemp, 1998). These structuring features are enacted by actors, defined 

as individuals or organised groups making choices about their actions in practices relevant 

to the system. This implies that actors possess agency; an autonomous choice of action 

which is both constrained and enabled by the existence of structuring elements in the 

system. The amount of freedom experienced by the actors depends on the amount of 

structuration and stability of the level at which they are (inter)acting. 

At the regime level, well-articulated cognitive, regulative and normative rules account for 

the stability of the established socio-technical systems (Geels, 2002); this consists of 

networks of actors who share a dominant way of organising, thinking and acting. The triad 

of structure, culture, and practice, also named the constellation, has been described by 

van Raak (2016) in relation to the healthcare system. He defines the regime’s structure as 

“the physical structures and resources, enforced regulations and legal rights, economic 

resources and other material elements or aspects structuring the behaviour in practices”, 

its culture as “the paradigms, norms, values and other immaterial elements or aspects 

structuring behaviour in practices of a system”, and its practice as “(typical) routines shaped 

by both agency, structure and culture of a system and shaping” (2016, p. 91). 
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With regards to the health research system, the hierarchical, positivistic paradigm as 

described in Chapter 1 and §2.1 can be considered dominant. We argue that the current 

regime constellation is not configured to involve patients meaningfully and sustainably; 

certain systemic features impede patients’ involvement in health research decision-making. 

These features have been studied by Caron-Flinterman et al. (2007), Callard, Rose, and 

Wykes (2012), and Elberse (2012) and can be classified as elements regarding culture (a 

paradigm shared by researchers, in which the patients’ perspective is undervalued), 

structure (impeding or unsupportive resource infrastructure) and practice (lack of insight 

and willingness to involve patients meaningfully in decision-making processes). 

The interlinkages between culture, structure and practice and the mutual dependencies 

between actors which characterise the regime level are visualised in Figure 2.2. The 

stability created through such networks accounts for a resilience to (radical) change at 

this level. For instance, culturally inspired assumptions may blind actors to developments 

outside their focus, thereby constraining changes in actors’ values and perceptions. 

Moreover, financing structures and reward systems may favour established routes of 

actions, and routines which counteract initiatives considered to be off the beaten track. 

Such features even impede change in structure and practice (Grin et al., 2010). Regular 

innovation that occurs at the regime-level is thus of an incremental nature, aimed towards 

optimising the system and fortifying existing structures rather than changing the system 

fundamentally. 

production of 
legitimacy  

andmeaning

CULTURE STRUCTURE

AGENTS
e.g. patients, family, citizens,  
physicians, nurses,managers

(& health departments,
healthcare providers, insurance

companies, trade organisations)
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Figure 2.2. Culture, structure, practice and agents (adapted from Van Raak, 2016, p.91).
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The landscape level is described as a set of heterogeneous contextual factors, world views, 

values and paradigms that affect the particular system. Although actors within this system 

can deviate from the paths of actions which it preordains, “socio-technical landscapes [...] 

provide deep-structural gradients of force that make some actions easier than others” (Grin 

et al., 2010, p. 28). Changes in this broad exogenous environment typically occur slowly 

or through rapid external shocks (Geels, 2002) and actors within the system are considered 

unable to exert an influence on them. Landscape trends can be constraining or enabling; 

they exert pressure on the regime to evolve in a certain direction. 

In the case of patient involvement, societal trends such as the democratisation of science, 

empowerment of patients, and public accountability of research can be considered 

landscape pressures (Gibbons, 1999; Loukanova & Bridges, 2008; Nowotny et al., 2001; 

Prior, 2003; Williamson, 2008). 

Figure 2.3. Multi-level perspective on transitions (adapted from Geels, 2002 p.1263)
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The third level discerned at the MLP is that of socio-technical niches: small and unstable 

networks of actors who provide a climate for innovation and small-scale experiments with 

a deviant culture, structure and practice when compared to the regime constellation (Schot 

& Geels, 2007). According to transition theory, these niches develop in incubation rooms, 

‘shielded off’ to protect the novelties against the incumbent regime. Uncertainty regarding 

the process and outcomes of the niche is high, providing room for experimentation and 

learning processes to improve performance, whilst the articulation of expectations and 

visions guide these learning processes. Change comes from dedicated actors, change 

agents, who are willing to invest time and resources in social networks which protect, 

nurture and develop the radical innovation (Grin et al., 2010). Such a group of change agents 

has also been called a ‘transition arena’. 

Elberse (2012) has argued that initiatives to involve patients meaningfully and sustainably 

in health research decision-making can be considered niches within the health research 

system; they constitute a deviant constellation when compared with the currently dominant 

regime. Unstable networks of change agents aim to experiment with and learn from new 

manners of involving patients. 

From the multi-level perspective, a system innovation is a shift or change in the dominant 

regime or constellation, which will only come about through interlinkage with parallel 

developments at all three levels (see Figure 2.3); niche innovations build up internal 

momentum, and landscape pressures on the regime may provide a window of opportunity 

to fuel the growth and stabilisation of a niche experiment (Schot & Geels, 2007). Several 

transition pathways have been described in literature and examined empirically (de Haan, 

2010; Geels & Schot, 2007). Three categories of transition patterns (empowerment, 

reconstellation, and adaptation) have been historically discerned in the healthcare system 

as part of the larger Pillar Theory (de Haan, 2010); see box 2.1. 

To encourage the development of niche-innovations in shaping the regime, the prescriptive 

model of transition management (TM) utilises bottom-up developments in a strategic way 

by coordinating different levels of governance through new types of interaction and cycles 

of learning and action (Loorbach & van Raak, 2006). Four components of the TM cycle have 

Box 2.1. Patterns of transitional change (de Haan, 2010). 

Empowerment (bottom-up constellation change): a new niche emerges, or an existing one gains power with 
respect to the regime. This development of the niche occurs either on its own, or through interaction or by 
merging with other niche constellations within the societal system. 

Reconstellation (top-down constellation change): a new niche emerges, or an existing one gains power with 
respect to the regime, through interactions with constellations outside of the societal system. 

Adaptation (internally induced constellation change): a regime constellation adapts to a new situation either 
through interacting or merging with other constellations within or from outside the societal system.
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been described; (a) formulate the central question or problem (which causes strain on the 

regime) and establish and organise a transition arena, in which niche experiments can be 

established and nurtured; (ii) establish a transition agenda in which the vision of the 

development is formulated, and from which the necessary transition paths are derived; (iii) 

execute a variety of niche experiments and mobilise the change agents in the transition 

networks; (iv) monitor, evaluate and learn lessons from these niche experiments, and adjust 

the vision, transition agenda and coalitions accordingly (Rotmans & Loorbach, 2007). 

Three steering notions are important concepts within TM literature: learning as much as 

possible from a transition experiment in a specific context (deepening), linking and repeating 

such experiments in various contexts (broadening), and embedding the experiment in the 

incumbent regime (scaling up) (Raven, van den Bosch, & Weterings, 2010; Rotmans & 

Loorbach, 2008; van den Bosch & Rotmans, 2008). Elberse et al. (2017) have explored 

these notions in the context of patient involvement in health research decision-making. 

They claim that activities aimed at deepening and broadening are increasingly taking place 

in the Dutch context, but scaling up remains limited. 

• Deepening: Efforts to deepen our understanding of patient involvement in health research 

decision-making have, for example, focused on barriers, solutions, facilitators, effective 

methods and evidence of impact and benefits of patient involvement initiatives. Such 

studies have been stimulated by amongst others the health research funding agency 

ZonMW. The aim of such research is to provide a convincing proof-of-principle of the 

added value of patient involvement in health research decision-making, and to provide 

novel approaches towards involving patients effectively throughout the research cycle 

(Elberse et al., 2017). 

• Broadening: Applying the ideas and practices of the niche innovation to different contexts 

based on experiences in previous initiatives, provides direction and synergy for the 

embedding of patient involvement in health research decision-making. The development 

of guiding principles through the evaluation of multiple research agenda-setting practices 

from the patients’ perspective (Abma & Broerse, 2010), is an example of such knowledge 

production. Stimulation of networking between patient involvement in different domains 

(such as healthcare and policy) is also beneficial to the creation of awareness as well as 

aiming to connect and encourage actors to learn from and inspire each other. 

• Scaling up: Activities aimed at embedding patient involvement in health research decision-

making at the regime level encounter systemic barriers (van den Bosch & Rotmans, 

2008). Different interpretations of this concept have been described. We follow Van den 

Bosch (2010) by focusing on the niche-regime interaction of scaling up; “[...] what is 

scaled up is not the activity of experimentation, but the deviant structure, culture, 

practices that are experimented with (the constellation).” (2010, p. 68). Van den Bosch 

(2010) also describes the difficulty stemming from the paradox which arises when 

translating practices in niches to the mainstream practice in the regime: the dominant 

culture, structure and practice favour innovations that fit easily into the mainstream 

context, at the expense of niches with deviant performance criteria, visions, power 
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relations and regulations. This highlights the importance of supportive regime-players to 

encourage the process of scaling up: “pragmatic systems builders who make 

compromises and help translate some niche practices into forms amenable to actors in 

the regime” (Smith, 2007, p. 447). However, as Loorbach and van Raak (2006) point out, 

TM is essentially a multi-actor network approach in which no single actor fully controls 

a transition process in a top-down manner. 

Therefore, it is argued that a transdisciplinary, action-oriented approach is needed in which 

all involved actors are encouraged to reflect on the systemic features influencing the 

innovation; all actors need to become so-called pragmatic systems builders to help mutually 

align the niche practice and the mainstream context (Smith, 2007). Metze et al., (2017) 

have described how discursive practices can encourage interactive reflectivity amongst 

the involved stakeholders. This means that stakeholders jointly (through group interaction) 

and reflectively scrutinise the encountered systemic features which influence the niche. 

Three elements are crucial to such interactive reflectivity; stakeholders are willing and able 

to: (1) regard the niche-innovation in a more longitudinal or comparative perspective; (2) 

be critical and empathetic at the same time; and (3) come to a synthesising conclusion on 

the innovation itself or agree, for example, on how to proceed in a fair and just way (Metze 

et al., 2017). 

The aim of this thesis is to analyse and enhance meaningful and sustainable patient 

involvement in health research decision-making. This chapter reveals that this is not a 

simple endeavour; a resistance to change from within the health research system 

counteracts the meaningfulness and sustainability of patient involvement in health research 

decision-making. Unravelling and overcoming these systemic features will contribute to 

the system innovation, which is required in the health research system. The aim is 

operationalised in the next chapter, in which the research approach applied in this thesis 

is outlined. 
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3. RESEARCH DESIGN 

This chapter outlines the action-oriented research approach and the case study methodology 

that was applied in this thesis research. Also, the research validity, ethical considerations 

and research teams are discussed in this chapter. 

3.1 RESEARCH AND STUDY QUESTIONS 

The aim of this thesis is to analyse and enhance meaningful and sustainable patient 

involvement in health research decision-making. The theoretical exploration of the topic, 

as outlined in Chapter 2, revealed the need to focus on the meaningfulness of patient 

involvement, and the need to unravel and overcome the systemic features within the health 

research system which influence the sustainability of patient involvement in health research 

decision-making. To realise this aim, we formulated two research questions, which we 

operationalised in six study questions:

1. How can patients be meaningfully involved in health research decision-making? 

 a. What research needs, based on the problems and worries encountered in daily life, 

do patients contribute to health research agenda setting? 

 b. What methodological lessons can be learned from recent health research agenda 

setting endeavours? 

 c. What systemic features influence the meaningfulness of patient involvement in 

proposal appraisal, and how can these features be overcome?

 d. What systemic features influence the meaningfulness of patient-researcher 

collaborations in health research decision-making, and how can these features be 

overcome? 

2. How can the sustainability of patient involvement in health research decision-making be 

enhanced? 

 e. What systemic features influence the embedding of patient involvement in proposal 

appraisal, and how can these features be overcome? 

 f. What systemic features influence the sustainability of patient-researcher collaborations 

in health research decision-making, and how can these features be overcome? 

3.2 RESEARCH APPROACH 

Analysis and enhancement of patient involvement benefits from a research approach that 

allows researchers to examine the phenomenon in-depth and in a real-life setting, whilst 

also providing opportunities to intervene in the situation, based on these insights. Therefore, 

we have conducted multiple qualitative, transdisciplinary case studies in which we facilitated 

and critically examined the involvement of patients in various stages of health research 

decision-making. Primarily qualitative research methods were employed in this thesis, 

because this research approach acknowledges the complexity of people’s behaviours, 
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attitudes and interactions (Pope & Mays, 1995). Strengths of qualitative (health) research 

include the capacity for adaptation to a variety of research settings (Daly et al., 2007) and 

its iterative nature, allowing for the refinement of research questions ex durante and the 

pursuing of emerging avenues of inquiry in further depth (Pope, Ziebland, & Mays, 2000). 

We have complemented our qualitative research strategy with quantitative data when 

appropriate, i.e. when validation of the preliminary findings amongst a larger group of 

patients was useful and feasible (Morgan, 1998). A transdisciplinary research approach is 

defined by Thompson Klein et al. (2001) as “a new form of learning and problem-solving, 

involving co-operation between different parts of society and science in order to meet 

complex challenges of society. Transdisciplinary research starts from tangible, real-world 

problems. Solutions are devised in collaboration with multiple stakeholders” (2001, p. 7). 

It can be considered suitable to study meaningful and sustainable patient involvement in 

health research decision-making, because patient involvement is fundamentally based on 

the principle that expertise is not restricted to academia. Also, the social nature of patient 

involvement requires multiple stakeholders to engage in mutual learning and a demand-

driven form of research (Thompson Klein et al., 2001). 

Dialogue Model 

To involve patients in research agenda-setting, a knowledge co-creation process is required 

in which: (1) patients’ experiential knowledge is explicated, (2) integrated with expertise 

from researchers and healthcare professionals and subsequently (3) embedded in health 

research, care practice and policy (Pittens, 2013; Regeer & Bunders, 2009). A mixed 

methods, participatory, and validated research approach to explicate patients’ knowledge 

is the Dialogue Model (Abma & Broerse, 2010; Broerse, Elberse, et al., 2010). Six principles 

guide the model: active engagement of patients, favourable social conditions, respect for 

experiential knowledge, dialogue, emergent and flexible design, and process facilitation; 

these grounding aspects have been described in more detail in §2.2. The Dialogue Model 

comprises six consecutive phases, of which the design and execution is always affected 

by the findings from the previous phase(s): 

1.  Exploration: The orientation phase in which the social landscape regarding the target 

group (delineated for example by type of disease) is mapped out, by performing a desk 

study and/or interviewing key stakeholders in the field; 

2.  Consultation: The collection phase in which a maximally diverse range of stakeholders 

is consulted to get an in-depth insight into the stakeholders’ everyday problems, and a 

rich, contextualised overview of their research needs and wishes; 

3.  Priority setting: The validation and prioritisation phase in which the collected information 

from the consultation phase is organised and subsequently prioritised by a larger group 

of stakeholders, and in which data saturation is validated; 

4.  Agenda setting: The converging phase, in which the everyday problems and contextualised 

research needs of the consultation phase is combined with the prioritisation information 

from the previous phase. In dialogue with other stakeholders, these findings are either 

integrated with, or compared to, the perspectives of other groups of stakeholders; 
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5.  Programming: The translation of the research needs and wishes into a research 

programme or action plan; 

6.  Implementation: The execution of the research programme, for example including a call 

for proposals based on the articulated research wishes, matching of existing research 

programmes with the research agenda, and/or provision of additional funding for research 

topics that have previously received little academic attention. 

In this thesis, the research agendas which have been set along the lines of the Dialogue 

Model (case studies 1 and 2) comprised of the first four phases. The fifth and sixth phase 

of the model are more policy-oriented and were therefore part of follow-up policy strategies. 

Systemic action approach 

Unravelling and overcoming the systemic features influencing the meaningfulness and 

sustainability of patient involvement in health research decision-making requires an action-

oriented research methodology that stimulates reflexivity amongst all those involved. The 

participatory research approach Reflexive Monitoring in Action (RMA) to studying system 

innovation projects, developed by van Mierlo et al. (2010), fulfils these criteria; it integrates 

interventions with reflexive monitoring to make each action an integral part of the learning 

process. The planning, design, execution and evaluation of these interventions follow an 

action-learning spiral (Stringer, 1996): 

1. identify a challenge; 

2. develop an action plan; 

3. perform the intervention; 

4. observe and evaluate the intervention; 

5. adjust the action plan with regard to the new insights; and 

6. perform the adjusted intervention. 

Hence, in this action-learning spiral, data acquisition activities which unravel the features 

related to culture, structure and practice can be integrated with overcoming these features 

to enhance the sustainable embedding of patient involvement in the health research 

decision-making process. 

RMA emphasises the importance to integrate reflexivity in the process of change; it 

encourages participants to “step backwards and reflexively question some taken for 

granteds” (Wynne, 2007, p.497). In other words, reflexivity is the recursive, critical 

examination of that which we think about (Hibbert, 2013). Although often used 

interchangeably, in this thesis we distinguish between reflexivity and reflectivity, in which 

we follow Hibbert (2013) considering reflexivity as the change in the actual process of 

thinking, and Metze et al. (2017) who regard reflectivity as a more arranged form of such 

critical thinking. Reflexivity, through reflectivity, is needed to involve patients meaningfully 

in research decision-making, as it explicates the underlying values and assumptions of 

participants and allows the involved actors to shape and adapt to the new reality. 
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Assessing the meaningfulness of patient involvement

To operationalise our definition of meaningful patient involvement in health research 

decision-making, we based ourselves on the work of Caron-Flinterman (2005), assessing 

the process and the outcomes of the collaborative effort. See §2.2 for the insights from 

other scholars that we have added to complement and refine this framework; Table 3.1 is 

a summary of our evaluative framework to assess the meaningfulness of patient 

involvement in health research decision-making. 

3.3 CASE STUDY RESEARCH 

Case study research is a valuable research methodology in studying patient involvement; 

it allows for the in-depth review of “a contemporary phenomenon within its real-life context, 

especially when the boundaries between phenomenon and context are not clearly evident” 

(Yin, 2006, p.13), thereby retaining its holistic and meaningful characteristics. Selection of 

the case studies was guided by our research questions. We included initiatives in which 

patients or their representatives were (to be) involved in decision-making processes 

initiating, guiding and/or evaluating health research. The initiatives needed to be accessible 

for an in-depth investigation by the research team, aiming to understand the complexity 

of the issue in its context. To gain insight into research question 1, all stakeholders involved 

in the initiatives had to share the intention to involve patients meaningfully; i.e. on the basis 

Table. 3.1 Evaluative framework to assess meaningfulness of patient involvement in health research decision-making. 
Based on Caron-Flinterman (2005). 

P
ro
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ss
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ri

te
ri

a

Stakeholder representation

Adequate and equal representation of stakeholders 

Empowerment of stakeholders, through availability of resources 
(information, human, material and time) and training

Process structure

Transparency of objectives, roles, scope of involvement and decision-making 
structure 

Early and direct involvement of patients 

Multi-directional communication amongst all stakeholders 

Process management

Independent and unbiased management

Equal treatment of participants, but support patients to convey their own 
story

Facilitation of mutual respect, openness and constructive interaction 

Invite patients to give feedback on the collaboration’s progress

O
u

tc
o

m
e 

cr
it

er
ia

 

Direct outcomes

Consensus on result 

Reflection of patients’ perspectives in result

Practicality/implementation of result

Formation and maintenance of a partnership between all stakeholders

Indirect outcomes

Achieved (mutual) learning on substantive matters

Achieved (mutual) learning on procedural matters

Achieved (mutual) learning on reflective matters

Development of mutual trust between stakeholders
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of their experiential knowledge and taking patients’ perspectives into account in the 

decisions taken. To address research question 2, we needed the initiatives to take place 

in a real-life setting, in which the systemic features influencing the sustainability of the 

initiative could be discerned. Therefore, patient involvement initiatives which were initiated 

by actors in the health research system (patient representatives, healthcare professionals, 

researchers or policy-makers) were preferred over case studies initiated by the research 

team. Also, the research team needed to be able to take an action-oriented stand in the 

initiatives to unravel and overcome the encountered systemic features affecting the 

initiative, while addressing the societal issue. Last, the initiatives needed to differ in terms 

of context, goal and approach, to allow comparisons between the findings and generalise 

the results beyond contingencies. 

This rationale led to case selection on the basis of the following criteria: 

• the initiative takes place in the health research domain;

• patients and/or their representatives are involved in decision-making processes which 

initiate, guide and/or evaluate health research (proposals);

• involved stakeholders share the intention to involve patients and/or their representatives 

on the basis of their experiential knowledge and to take patients’ input into account in 

the decisions taken;

• the initiative is initiated by stakeholders in the field, ensuring the initiative addresses a 

societal issue or answers a real-life question;

• the initiative is accessible for in-depth investigation by the research team, in which the 

executing researcher could act as both a neutral facilitator to address the societal issue, 

and as an independent observer to evaluate the research findings; and

• combined, the initiatives differ in terms of context, goal and approach, allowing 

comparisons between the cases, to enhance the generalisation of the findings beyond 

contingencies.

3.4 CASE STUDIES

Based on these criteria, four cases were selected for this thesis. The first two case studies 

address research question 1 (focusing on meaningfulness). The third and fourth cases 

focus primarily on research question 2 (regarding sustainability), whilst also addressing 

research question 1:

1. Research agenda haematological cancers: A research agenda from the patients’ 

perspective was set for people with a haematological cancer.

2. Research agenda visual impairments: A research agenda from the patients’ perspective 

was set for people with a visual impairment, ophthalmological disease and/or 

deafblindness.

3. Patient involvement in proposal appraisal: Involving patient reviewers in proposal 

appraisal at a health research funding organisation was supported and reflexively 

monitored. 
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4. Patient involvement at an academic hospital: A collaboration between patient 

representatives and oncological researchers was initiated, facilitated and reflexively 

monitored.

In Figure 3.1, the relations between the cases, the research questions and accompanying 

the study questions are visualised. 

Research agenda haematological cancers 

In the first case study, a research agenda from the patients’ perspective was set for, and in 

collaboration with, people with a haematological cancer, and/or who have undergone a stem-

cell transplantation, or who have been declared cured of such a disease8. The research agenda 

aims to answer study question a. This case study was explicitly patient-driven; it was initiated 

by Hematon Foundation, and members of this patient organisation took seat in the project 

team. The goal of case study was to understand the everyday problems and worries of people 

with regard to their haematological cancer, and to inventory and prioritise the research needs 

from the patients’ perspective. This resulted in the following research questions: 

1. What are the everyday problems and concerns of people with haematological cancer?

2. Which research themes/topics are relevant according to people with haematological 

cancer?

3. To which research themes/topics do people with haematological cancer give priority?

8 For the purpose of conciseness, we henceforth refer to the target population (people with a haematological 
cancer and/or who have undergone a stem-cell transplantation, or who have been declared cured of such a 
disease) as “people with a haematological cancer”.

RQ 1 RQ 2

Case 1
• SQ a

Case 2
• SQ a
• SQ b

Case 3
• SQ c
• SQ e 

Case 4 
• SQ d
• SQ f

Figure 3.1. The relations between the cases (1-4), research questions (indicated RQ1 and RQ2, in shaded areas), 
and study questions (labelled SQ a-f, of which SQ a-d belong to RQ1 and SQ e-f belong to RQ2). 
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The first four phases of the Dialogue Model (Abma & Broerse, 2010) were employed to 

set the research agenda, after which the responsibility of the programming and 

implementation of the research agenda was transferred to the study commissioner. The 

data collection process is visualised in Figure 3.2; a more extensive case description and 

information about the methodology can be found in Chapter 4. 

Research agenda visual impairments

In the second case study, a research agenda from the patients’ perspective was set for, 

and in collaboration with, people with a visual impairment, ophthalmological disease and/

or deafblindness9. Similar to the first case study, this case study was patient-driven. The 

Eye Association Netherlands (EAN) and the MD-Association (MaculaVereniging, at the time 

this case study was conducted: MD-Vereniging) approached the Athena Institute (Vrije 

Universiteit Amsterdam) for an investigation of the research needs and wishes of people 

with a visual impairment on the medical and socio-psychological domain. Such a research 

agenda strengthens the position of the EAN and MD-Association in the dialogue with the 

professional ophthalmological healthcare field and other societal stakeholders. Members 

of two relevant patient organisations took seat in the research team. This case study 

resulted in two academic studies from a different angle; the research agenda, which is 

described in more detail in Chapter 5, addresses study question a. A separate methodological 

evaluation of the agenda-setting process is described in more detail in Chapter 6 and aims 

to answer study question b. 

The research agenda-setting activities comprised the first four phases of the Dialogue 

Model (Abma & Broerse, 2010). The goal of this project was to inventory and prioritise the 

research needs on the medical and socio-psychological domains of people with a visual 

impairment. To understand the context of these research needs, the daily problems and 

worries of people with regard to their visual impairment were also investigated. In the 

exploratory phase, patient representatives (n=6) were interviewed regarding the social 

landscape of people with a visual impairment and commonly mentioned problems and/or 

research needs. Subsequently, in eight focus group discussions (FGDs), the daily problems, 

worries for the future and research needs of people with visual impairments (n=64) were 

mapped out. The composition of the FGDs was divided regarding the aetiology of their 

ophthalmological disease or severity of visual impairment. In seven feedback meetings, 

patient representatives discussed the results of the FGDs to validate. Additionally, an 

advisory board composed of professionals from the ophthalmological healthcare field 

discussed the preliminary findings. In the prioritisation phase, respondents ranked the 

research needs on the medical domain (n=784) and socio-psychological domain (n=631) 

separately. The results were stratified regarding ophthalmological disorder, severity of 

visual impairment, age, age of onset, gender and membership of a patient organisation. 

9 For the purpose of conciseness, we henceforth refer to the target population (people with a visual impairment, 
ophthalmological disease and/or deafblindness) as “people with a visual impairment”.
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During a reflection meeting at which representatives of the ophthalmological healthcare 

field (n=16) and patient representatives (n=19) were present, the medical and socio-

psychological research agenda was discussed and implementation opportunities and 

barriers were considered. 

During the preparatory phase of this case study it became apparent that the heterogeneous 

patient community could be considered divided: in particular, patient representatives tended 

to defend the interests of patients with their type of ophthalmological disease, rather than 

unite forces with representatives from other patient communities. Therefore, we monitored 

and evaluated the methodology of research agenda-setting (the Dialogue Model) in relation 

to a divided patient community, and to guide research agenda-setting processes with such 

patient communities in the future. In this study we were guided by the analytical framework 

of boundary work, in which efforts to create, manage or disrupt boundaries were 

distinguished. First, the exploration interviews provided insight into the relationships 

between the patient communities. During the consultation phase, participant observation 

was employed to analyse the agenda-setting process. Observations were related to 

participants’ attitude, behaviour and input towards the subject and towards each other. 

Also, during all the research agenda-setting activities, numerous informal conversations 

took place with participants and members of the project team regarding the process of 

the study. These observations and informal conversations were complemented by a (post-

hoc executed) document analysis on transcripts and correspondence to analyse the 

interactions of the involved stakeholders. Post-hoc, four key informants were interviewed 

regarding their hindsight views on the research agenda-setting process. Throughout the 

research agenda-setting activities and post-hoc, the facilitators regularly discussed their 

own role and responsibility regarding the management of the research agenda-setting 

process. This form of self-reflection aided in evaluating the effectiveness of the employed 

strategies of the facilitators. 

Patient involvement in proposal appraisal

In the third case study, the involvement of patient reviewers in proposal appraisal at the 

Dutch Cancer Society (DCS, KWF Kankerbestrijding) was supported and reflexively 

monitored. This case study addresses study questions c and e. In 2014, DCS, which is the 

largest privately funded health research funding agency in the Netherlands, approached 

the Athena Institute (Vrije Universiteit Amsterdam) for a reflexive evaluation of, and support 

on, the involvement of patients in all its policy-domains and key activities. To achieve such 

meaningful and sustainable patient involvement throughout the organisation, DCS needed 

expertise on patient involvement itself, and on the organisational changes required to 

incorporate the patients’ voice meaningfully and sustainably at the organisation. 

This case study focused on the involvement of patient reviewers in the proposal appraisal 

process, one of the key activities of the organisation. To support and monitor the change 

process in close cooperation with the involved policy-staff of DCS, the emergent, action-
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oriented, and participatory research approach Reflexive Monitoring in Action (RMA) (van 

Mierlo et al., 2010) was applied in three phases over a period of 2.5 years. 

The starting situation was analysed in semi-structured interviews with patient reviewers 

(n=7), policy staff at DCS (n=5) and researchers in the scientific reviewing committee (n=3), 

and by monitoring and evaluating assessment meetings of six research-funding programmes 

in which patient reviewers assessed grant proposals. Based on the findings in this phase, 

an intervention plan was designed containing four elements:

• the organisation of four participatory workshops to establish and optimise the patient 

involvement process on proposal appraisal; 

• the recruitment and training of new patient reviewers; 

• the organisation of a reflective workshop for research coordinators of DCS to discuss 

the involvement of patients; and 

• the analysis of grant applications in which patient reviewers were involved. 

The interventions were continuously evaluated in numerous informal meetings and 

discussions. Additionally, in semi-structured interviews, patient reviewers (n=4) and DCS 

staff members (n=5) reflected on the past 2.5 years regarding patient involvement in 

proposal appraisal at DCS. Also, a monitor attended two evaluative meetings with patient 

reviewers who had represented the patients’ assessment at proposal reviewers’ meetings. 

In Chapter 7, a more extensive description of the applied methodology can be found.

Patient involvement at an academic hospital

The fourth case study took place at the sarcoma research department in one of the eight 

academic hospitals in the Netherlands: the Erasmus MC Cancer Institute. More 

methodological details regarding this case study can be found in Chapter 8, addressing 

study questions d and f. 

In 2016, the Erasmus MC Cancer Institute initiated a collaboration with the Athena Institute 

(Vrije Universiteit Amsterdam) with the aim to involve patients more structurally in its 

research, policy and healthcare activities. To unravel and overcome the facilitating and 

impeding factors affecting such patient involvement, a study consisting of three small-

scaled pilots was designed. The involvement of patients (or patient representatives) was 

facilitated and monitored in: 

• the sarcoma research department; 

• the development of the sarcoma and GIST healthcare pathway; and 

• policy development of the hospital.

This case study focused on the involvement of patient representatives in the sarcoma 

research department of the academic hospital. A collaboration between patient 

representatives (from two different patient organisations) and oncological researchers was 

initiated, facilitated and reflexively monitored. The participants in this project decided to 

focus mainly on research agenda-setting of the research department, and to involve patients 
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in the ongoing research project of one of the involved researchers. The case study took 

place between January and December 2016. The emergent, action-oriented and 

participatory research approach RMA (van Mierlo et al., 2010) was employed to facilitate 

and monitor this collaboration. 

In semi-structured interviews with all participants of the pilot (patient representatives (n=4) 

and researchers (n=3)), their expectations regarding the collaboration were explicated. 

Subsequently, a process facilitator prepared and facilitated four dialogue meetings at which 

all participants were present, and numerous intermediate meetings with a subset of 

participants. All dialogue meetings concluded with a reflective component, in which 

participants explicitly evaluated the progress of the participatory practice. Participant 

observation during these meetings provided insight into factors affecting the meaningfulness 

and sustainability of the participatory practice. As such, features could be unravelled and 

subsequently overcome in order to improve the sustainability of meaningful patient 

involvement in research decision-making. In semi-structured evaluative interviews, the 

participants (n=6) reflected on the participatory practice. Also, in telephone post-hoc 

interviews (n=3), participants were asked whether any follow-up activities had been 

organised after project funding was terminated. 

3.5 VALIDITY 

Guided by the reconceptualisation of the concept of validity in qualitative research by 

Whittemore, Chase, and Mandle (2001), we distinguish between primary and secondary 

criteria and techniques. Primary validity criteria are necessary to all qualitative inquiry and 

consist of credibility, authenticity, criticality and integrity. Considering the nature of socially 

constructed truth claims, assuring credibility refers to the conscious effort to establish 

confidence in an accurate interpretation of the meaning of the data (Carboni, 1995). Closely 

linked to this criterion is authenticity -whether the portrayal of research reflects the 

meanings and experiences that are lived and perceived by the participants (Sandelowski, 

1986). The inquirer must be aware of her own perspective and how her investigation in 

itself can alter the situation, thus influencing the data. Self-criticism acknowledges the 

subjectivity of the researcher interpreting the data and the potential threat of investigator 

bias. Due to the emergent nature of an action-oriented research approach, reflexivity, open 

inquiry and critical analysis are important aspects to ensure the criticality and integrity of 

valid research (Marshall, 1990). Not only should evidence naturally substantiate the research 

findings, but also alternative hypotheses, negative instances and possible biases should 

be closely examined. 

Less prominent, secondary validity criteria of qualitative research provide further 

benchmarks of the quality of the research in terms of execution and reporting, and can be 

applied more flexibly (Whittemore et al., 2001). These are explicitness, vividness, creativity, 

thoroughness, congruence, and sensitivity. Explicitness and congruence, for example, 
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relate to the line of reasoning throughout the manuscript: the steps from research question, 

to method of data acquisition and analysis, to findings and interpretation should be 

consistent, traceable and conscientiously recorded. Rich representation of the data, i.e. 

vividness, contributes to highlighting the essence of the findings without overwhelming 

the reader with excessive detail (Sandelowski, 1986). Thoroughness of data acquisition 

(saturation) and analysis does not merely imply providing an exhaustive list of findings, but 

also making efforts to connect these findings and develop the interpretative ideas. 

According to Whittemore et al., “creativity is demonstrated in qualitative research through 

novel methodological designs to answer specific research questions, flexibility within the 

inquiry process and imaginative ways of organising, presenting and analysing data” (2001, 

p. 532). Last, sensitivity to the societal context is an important quality criterion to the 

conduct of ethically sound research. 

Techniques are the methods employed to assure the primary and secondary validity goals 

and diminish identified validity threats. The techniques which were used to comply with 

the validity criteria of this thesis’ data collection and analysis were: 

• Data triangulation: Using a variety of appropriate and feasible data collection methods 

reduces the possibility of researcher bias. Therefore, in each case study a variety of data 

collection methods such as questionnaires, interviews, focus group discussions, 

participant observation and reflection meetings was used. Also, regular reflection (usually 

weekly) on the process and preliminary findings of the study in the research team 

contributed to the refinement of research questions and to pursuing emerging avenues 

of inquiry. 

• Member checks: By inviting participants to react and reflect on summaries of interviews, 

focus group discussions, and any other meetings, the researchers’ interpretation of the 

data was validated (Sandelowski, 1993). Avoiding oversimplifications or misunderstandings 

were important aims of these member checks, to enhance the credibility and authenticity 

of the research findings. Preliminary findings were regularly discussed within the 

respective research team and involved researchers, for example in dialogue sessions 

(case study 1 and 2) at which various stakeholders were present. 

• Data saturation: To achieve data saturation, a research design should allow for data 

collection to be pursued until no new major relevant topics emerge; therefore, in case 

studies 1 and 2, the focus group discussions in the consultation phase were complemented 

with additional interviews until no new major topics emerged. Also, the recruitment 

strategy aimed at maximising variation on relevant characteristics such as age, stage or 

severity of disease, or experience as patient representative, to obtain a diverse range of 

insights. Recruiting responses from underrepresented groups (such as young adults and 

people in the palliative phase of their disease) was given priority.

• Data processing and analysis: The emergent, participatory and action-oriented research 

approach in the case studies obliged the research team to extensively document the 

research. The interviews and focus group discussions were audio-taped after verbal 

consent and transcribed verbatim (except for some interviews in case study 4).  
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Participant observations and relevant informal conversations (such as telephone calls) 

were documented in the researchers’ logbooks. In cases 1 and 2 (research agendas), 

data analysis on transcriptions, summaries, logbook observations and relevant 

correspondence was inductive, starting with an open coding and iteratively moving 

towards selective coding. In cases 3 and 4 (and the process evaluation of case 2), 

thematic coding was applied in which an analysis framework was iteratively adjusted 

and applied (Green & Thorogood, 2004). Criticality towards researchers’ own 

interpretations and the examination of alternative interpretations was sought.

• Generalisability and transferability of findings: To enhance the external validity of the 

research, case studies were conducted at various settings and contexts. Although three 

out of four case studies took place within the oncological research system, we argue 

that the findings derived from these case studies are also applicable outside of this 

oncological context, as we explicitly aimed to examine systemic features influencing the 

case study, rather than contingencies. Also, the involved organisations varied in size and 

power position within the health research system. 

3.6 ETHICAL CONSIDERATIONS

The ethical aspects of this research were considered an ongoing process of deliberation 

and reflection. We adhered to the nationally established code of ethics for research in the 

social and behavioural sciences involving human participants, as interpreted and explicated 

by the Vrije Universiteit Amsterdam10. To conduct the case studies, approval of an accredited 

Dutch medical research ethics committee was not required as none of the case studies 

concerned medical research or any form of invasion of the participants’ integrity. 

Additionally, this research was guided by the ethical framework provided by Richards and 

Schwartz (2002) who have considered potential ethical risks to participants in qualitative 

health research and offered suggestions to minimise these risks. We applied their 

recommendations regarding informed consent, prudence regarding sensitive topics, 

ongoing checks about the socially constructed nature of truth central to qualitative research, 

and the anonymity of participants:

• Treating informed consent as an ongoing process: In line with our own interpretation of 

the ethical aspects of qualitative, participatory research, Richards and Schwartz (2002) 

prefer to consider informed consent as an ongoing process. A one-off event to verbally 

inform participants about the goal and set-up of the research -and to give them the 

opportunity to withdraw consent to the use of their data at any time-, was provided when 

participants were approached only once (e.g. in a focus group discussion). In all other 

cases of more long-term engagement with participants, the emergent design of our 

research methodology required us to regularly re-evaluate the ethical aspects of the aims 

10 Scientific and Ethical Review Board Vrije Universiteit Amsterdam (2016), ‘Code of Ethics for Research in the Social 
and Behavioural Sciences Involving Human Participants, version 15 nov. 2016’, Amsterdam: VU Amsterdam. 
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and data acquisition of the research, involving the participants in these discussions. 

• Do no harm: Richards and Schwartz (2002) warn against anxiety and distress provoked 

when exploring the reasons and context for patients’ beliefs and actions in an open-ended 

qualitative research set-up. In our case studies we indeed encountered sensitive topics, 

such as the emotional impact of a diagnosis and the worries and uncertainties of patients 

regarding the palliative phase of cancer. Co-designing the research set-up with 

stakeholders in the research teams enabled us to anticipate the emotional effects of our 

data collection methods. In a limited number of cases, the research set-up was adjusted 

to accommodate concerns regarding distress; for example, haemato-oncological patients 

in the palliative phase of their life were interviewed individually, rather than invited to 

travel to a focus group discussion. In contrast to provoking anxiety and distress, patients 

in our studies were generally eager to contribute to the research by sharing their 

experiences in interviews and focus group discussions. They frequently explicitly 

appreciated the therapeutic value and sense of togetherness in the sessions with other 

patients. Also, as we were not (and explicitly did not present ourselves as) medical 

specialists, we attempted to reduce the power imbalance between us as researchers 

and the participating patients. This limited the risk of participants feeling pressurised to 

participate in the research because of a sense of duty, or an entanglement of interests. 

• Correct representation of the socially constructed truth: Another risk of qualitative health 

research described by Richards and Schwartz (2002) is a misrepresentation of the 

inherently socially constructed truth: the analysis of the data is inevitably influenced by 

the theoretical framework applied and preconceptions of the involved researchers. 

Therefore, all interviews, focus group discussions and other formal meetings with patient 

representatives were summarised and sent to the participants for member check. Also, 

data triangulation and self-reflection aimed at contextualising the data correctly, and all 

manuscripts were presented to the involved stakeholders prior to submission. Reflections 

meetings/workshops were also used to validate (the interpretation of) the findings.

• Anonymity of participants: We decided to reveal the involved organisations in our case 

studies because we considered the organisational context and the place of these 

particular organisations in the Dutch health research system important for the implications 

of our findings. This was discussed with the involved organisations and their prior 

approval was obtained. However, the anonymity of individual participants was always 

secured. Although stakeholders may recognise themselves in the case studies, the (inter)

actions of the involved actors are untraceable to anyone who has not participated in the 

research, as is recommended by Richards and Schwartz (2002).

3.7 TRANSDISCIPLINARY RESEARCH TEAMS 

In line with the transdisciplinary research approach, all case studies in this thesis were 

executed in collaboration with non-academic stakeholders. The academic reflection was 

conducted by the academic researchers in the team (with the exception of case study 1, 

in which a patient representative co-authored the academic manuscript of the case study). 
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In all case studies, the author of this thesis acted as the main executing researcher and 

Prof. Dr. Jacqueline Broerse was involved as co-project leader. Box 3.1 lists all academic 

researchers per case study, and provides information about the non-academic stakeholders 

in each case study without revealing their identity. 

Box 3.1. Overview of members of the project group per case study

Research agenda haematological cancers 
• * Anne-Floor Schölvinck, researcher
• * Bert de Graaff, researcher
• * Jacqueline Broerse, co-project leader
• 4 patient representatives, volunteering at Hematon Foundation (of whom one patient representative 

participated in the academic reflection of the case study)

Research agenda visual impairments 
• * Anne-Floor Schölvinck, researcher
• * Carina Pittens / Dirk Essink, senior researcher1

• * Jacqueline Broerse, co-project leader
• 2 employees of involved patient organisations
• 5 patient representatives, volunteering at EAN
• 2 patient representatives, volunteering at MD-Association

Patient involvement in proposal appraisal
• * Anne-Floor Schölvinck, researcher
• * Carina Pittens / Dirk Essink / Lia van der Ham / Tjerk Jan Schuitmaker, senior researcher1

• * Jacqueline Broerse, project leader
• Linda van Eekeren, intern
• 4 employees of DCS

Patient involvement at an academic hospital 
• * Anne-Floor Schölvinck, researcher
• * Violet Petit-Steeghs, researcher
• * Eveline Smit, researcher
• * Tjerk Jan Schuitmaker, senior researcher
• * Jacqueline Broerse, project leader
• Marleen Kennes, intern
• 3 oncological researchers at Erasmus MC Cancer Institute, Rotterdam
• 4 patient representatives, volunteering at Patientplatform Sarcoma (former Contactgroep GIST and 

Contactgroep Saromen)

Notes: 
1 People separated by “/” were successors with the same, or very similar, task description in the case study 
* People who participated in the academic reflection of the case study
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ABSTRACT

The experiential knowledge of patients can provide research communities with 

complementary perspectives on disease. To identify and prioritise everyday problems and 

research needs of haematological cancer patients and people who have undergone a stem-

cell transplantation, a mixed-method participatory research approach (the Dialogue Model) 

was applied, including interviews (n=19), four focus group discussions (n=27), a 

questionnaire (n=146) and a stakeholder dialogue meeting (n=30) with patients in The 

Netherlands. Patients’ physical discomfort, psychosocial issues, problems with the 

healthcare system, and policy issues were highlighted. Respondents prioritise research 

aimed at factors potentially influencing survival, such as lifestyle, and research aimed at 

improving patients’ quality of life, for example improving memory and concentration 

problems. Topics also focused on physical discomfort, causal mechanisms, and healthcare 

organisation and policies. Research of a social scientific character is underrepresented and 

as such, patients’ everyday problems are not all directly reflected in the research agenda. 

Our findings indicate that patients, besides emphasising the importance of improving 

survival, have a desire to increase control over their lives.
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4.1 INTRODUCTION 

Patients are confronted on a daily basis with the consequences of their disease and its 

impact on their lives. As a result, they possess unique knowledge – experiential knowledge 

– that is complementary to the expert knowledge of healthcare professionals and 

researchers (Chalmers, 1995; Faulkner & Nicholls, 2001; Telford et al., 2002). Caron-

Flinterman, Broerse, and Bunders (2005) define experiential knowledge as “the often 

implicit, lived experiences of individual patients with their bodies and their illnesses as well 

as with care and cure” (p.2576). 

In the period 1975-2001, there have been spectacular increases in survival rates of many 

haematological cancers (Siegel, Miller, & Jemal, 2016). Increased survival rates are 

associated with increased incidences of late effects of treatment (Miller et al., 2016). As 

a result, there is a growing call for the involvement of patients in oncology research and 

care (Efficace et al., 2012; Zucca, Sanson-Fisher, Waller, Carey, & Boadle, 2017). 

Haematological cancer patients, often still affected by their disease and the treatments 

they have undergone, can contribute meaningfully to the research decision-making process 

on the basis of their experiential knowledge (Caron-Flinterman, Broerse, & Bunders, 2005). 

A validated method to both empower patients to voice their experiences and needs, and 

to provide input to research communities, is to establish a research agenda from the 

patients’ perspective (Abma & Broerse, 2010). Such a research agenda can promote a 

dialogue between patients, researchers, healthcare professionals and policy-makers (Abma, 

2006a; Abma & Broerse, 2010; Pittens, 2013). 

Patients are increasingly involved in the setting of research agendas (Pittens, 2013). Three 

arguments are often used to justify patient involvement (Telford et al., 2002). First, the 

substantial argument highlights the complementary nature of patients’ experiential 

knowledge. Second, patients, as stakeholders most directly affected by the outcomes of 

scientific research, have the moral right to be involved in the decision-making process 

concerning their disease (Goodare & Smith, 1995; Popay & Williams, 1996). Third, the 

political argument stresses that the involvement of patients in research increases the 

legitimacy of research because it is more consistent with the needs of the target population 

(Collins & Evans, 2002; Williamson, 2001). On the basis of substantial, moral and political 

arguments, we can hence advocate the benefits of setting a research agenda from the 

perspective of people with haematological cancer or who have undergone stem-cell 

transplantation (SCT)11. 

11  For the purpose of conciseness, we will refer to the target population (people with a hematological cancer and/or 
who have undergone a stem-cell transplantation, or who have been declared cured of such a disease) as “people 
with a hematological cancer”
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4.2 RESEARCH PRIORITIES OF PEOPLE WITH A HAEMATOLOGICAL 
CANCER 

The research priorities of people with a haematological cancer have only sporadically been 

articulated: Clinton-McHarg, Paul, Sanson-Fisher, D’Este, and Williamson (2010) and van 

Merode et al. (2016) have investigated the research priorities of adolescents and young 

adults (AYAs) with haematological cancer and of people with multiple myeloma (MM) or 

Waldenström Disease (WD), respectively. In Clinton-McHarg et al. (2010)’s study, AYAs 

prioritised: (1) clinical medicine aimed at finding better treatments and (2) psychosocial 

research aimed at improving physical, psychological, social and spiritual outcomes for 

patients diagnosed with haematological cancer and their families. Patients with MM or 

WD prioritised: (1) improved communication with healthcare professionals, and (2) reduced 

burden of neuropathy (van Merode et al., 2016). 

In both of these studies the consulted patient community was relatively confined and 

people’s everyday problems and concerns regarding the consequences of their disease 

were not investigated. It has been shown that enclave deliberation, namely the 

empowerment and development of a shared voice based on collective experiences, 

reduces the chance that patients are replicating media or healthcare professionals’ priorities 

(Nierse & Abma, 2011). 

In this study, the everyday problems and concerns of people with a haematological cancer 

were articulated prior to the formulation and prioritisation of their research needs in order 

to formulate a research agenda from the patients’ perspective. In addition to extending 

the results of above mentioned studies to a broader target population by including the 

perspectives of haematological cancer patients of all ages and a wider range of diagnoses, 

the present study aims to contextualise people’s research needs with their everyday 

problems and concerns. This led to the following research questions; 

1. What are the everyday problems and concerns of people with haematological cancer? 

 2.  Which research themes/topics are relevant according to people with haematological 

cancer?

3. To which research themes/topics do people with haematological cancer give priority? 

4.3 METHODOLOGY

Research approach

To involve patients in research decision-making, a knowledge co-creation process is required 

in which: (1) patients’ experiential knowledge is explicated, (2) integrated with expertise 

from researchers and healthcare professionals and subsequently (3) embedded in health 

research, care practice and policy (Pittens, 2013; Regeer & Bunders, 2009). A mixed 

methods, participatory, and validated research approach to explicate patients’ knowledge 

is the Dialogue Model (Abma & Broerse, 2010; Broerse, Elberse, et al., 2010). Six principles 
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guide the model: active engagement of patients, favourable social conditions, respect for 
experiential knowledge, dialogue, emergent and flexible design, and process facilitation. 
The Dialogue Model originally comprises six phases, of which the first four were executed 
in this project: (1) exploration, (2) consultation, (3) priority setting, and (4) agenda setting. 
The fifth and sixth phases (programming and implementation) of the model are more 
policy-oriented and will therefore be part of Hematon’s follow-up policy strategy. 

The study was a collaborative effort between the VU University Amsterdam and the patient 
organisation Hematon. To optimally benefit from the knowledge co-creation process, a 
project team was established comprising three academic researchers (authors of this study) 
and three Hematon volunteers. One volunteer (MvdB) was also a co-author. Within this 
team, all substantive decisions regarding the progress and the intermediate results were 
discussed. Two academic researchers (AS and BdG) were responsible for the daily 
execution of research activities. In addition to the project team, seven leading experts in 
the field of haemato-oncology and funding agencies were invited to participate in an 
advisory board. All members of this board were interviewed prior to data collection. The 
board also met twice in plenary to provide advice on the progress of the study, to discuss 
the preliminary research findings, and to assist in the implementation of the results. 

Data collection

Data were collected between January and October 2016. The study can be divided in four 
largely consecutive phases (see Figure 4.1). 

Exploration phase
Six exploratory semi-structured interviews with patient representatives provided insights 
into commonly discussed everyday problems and concerns of the target population. 
Interviews were conducted in person, except for one interview by phone. Respondents 
comprised active volunteers for the patient-organisation, who were also experiential 
experts. Additionally, seven professionals from healthcare, research, funding and policy 
were invited for an informal interview. During this conversation, patient involvement in 
research in general, the project itself and the role and responsibilities of the advisory board 
for which they were invited, were discussed. 

Consultation phase
Based on the findings of the exploratory phase, four focus group discussions (FGDs) and 
six additional semi-structured interviews were organised to further identify everyday 
problems, concerns and research needs of the target population. A total of 33 patients 
took part (see Table 4.1 for more details). Based on participants’ preferences, FGDs were 
allocated to the phase of the disease:
• people in the ‘Wait and see’ phase of their disease, who had been diagnosed with 

haematological cancer but who had not received a treatment yet;
• people who had been treated and whose haematological cancer was ‘In Remission’ (but 

not eradicated);
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• people who were declared cured over approximately 10 years ago but who experienced 
late side effects of the treatments (‘Cured, but late side-effects’), 

• people who were undergoing treatment or who had undergone an SCT (‘SCT/In 
treatment’). 

Participants were recruited via Hematon, several hospitals and social care meeting venues 
for people with cancer. FGDs lasted 2.5 hours and comprised the following parts: (1) 
introduction; (2) identification of everyday problems of individuals; (3) identification of 
concerns; (4) proposing research ideas to address these problems, concerns and any other 
research topics. Any proposed solutions outside of the realm of scientific research were 
noted, but not further discussed. 

Following the FGDs, additional interviewees (n=6) were recruited through purposeful 
sampling to include the perspectives of underrepresented patient groups. These were an 
AYA (n=1), someone who did not suffer from a haematological cancer but who had 
undergone an SCT (n=1) and patients in the palliative phase (n=4). Interviews were 
conducted until data saturation was achieved. Two interviews were conducted face-to-face, 
the other interviews were conducted by phone. The interview guide was comparable to 
the FGD set-up. 

Priority setting phase 
The research ideas identified during the consultation phase were discussed within the 
project team to reformulate ambivalent topics and merge overlapping issues, and to specify 
broadly defined topics and to categorise them. The goal of this reformulation was to make 
the research topics broadly comparable and understandable to a wide audience; key words 
in each topic were briefly explained. Some 32 research ideas were categorised into six 
research themes, each consisting of five to six more specifically defined topics. Prioritisation 
of the research topics by the patient community took place through a questionnaire. 
Respondents were asked to rank the topics within each theme, and to rank the overarching 
themes. In addition, respondents could add topics that they had missed in the questionnaire. 
These were, however, not prioritised. Following the ranking, respondents were asked to 
answer questions about their haematological cancer (type of haematological cancer, past 
and current treatments) and their personal details (age, gender, visits to meetings organised 
by Hematon). Last, respondents were asked to evaluate the questionnaire. 

The questionnaires were available digitally and on paper, and were piloted by three 
members of the target population to check comprehension, ease of use and relevance. 
Recruitment of respondents took place via several communication channels of Hematon 
and all academic hospitals in the Netherlands. The questionnaire was open for response 
for two months. After one month, reminder calls were sent out to members of Hematon 
to increase the response level. In total, 146 people completed the questionnaire. The study 
targeted a diversity of respondents regarding their diagnoses and treatments; in a 
representative sample of the target population, people with rare haematological cancers 
would only compose a small population of respondents (see Table 4.2). 
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Agenda setting phase 

The nine highest prioritised research topics were discussed at a three hour dialogue 

meeting at which 30 stakeholders were present, including patient representatives (n=13), 

haematological oncology healthcare professionals and researchers (n=6), representatives 

Table 4.2. Respondents of the questionnaire in the priority setting phase.

Demographics* Total**** Total %

Type of haematological cancer AL 15 9.7

CL 38 24.7

Lymphoma 49 31.8

MDS 9 5.8

MM 25 16.2

WD 14 9.1

No disease 2 1.3

Other 2 1.3

TOTAL 154 100

Treatment (past and current) Wait and See 32 15.0

Non-intensive treatment** 74 34.6

Intensive treatment** 28 13.1

SCT 50 23.4

Palliative/terminal care 4 1.9

Other 25 11.7

I don’t know (anymore) 1 0.5

TOTAL 214 100

Gender Male 68 46.6

Female 78 53.4

Other 0 0

TOTAL 146 100

Age*** 0-18 yrs. 1 0.7

19-30 yrs. 4 2.7

31-45 yrs. 18 12.3

46-60 yrs. 61 41.8

61-75 yrs. 57 39.0

>75 yrs. 5 3.4

TOTAL 146 100

Visits to meetings of Hematon No visits to meetings 60 40.5

Non-active (annual or less visits to meetings) 50 33.8

Active (more frequent than annual visits to meetings) 19 12.8

Volunteering at Hematon 19 12.8

TOTAL 148 100

* AL: Acute Leukemia (lymphatic and myeloid); CL: Chronic Leukemia (lymphatic and myeloid); Lymphoma (Hodgkin 
and Non-Hodgkin); MDS: Myelodysplastic syndrome; MM: Multiple Myeloma; WD: Waldenström’s Disease; SCT: 
Stem-Cell Transplantation (allogeneic and autologous). ** Non-intensive treatment was translated to patients’ sphere 
of understanding as: chemotherapy, radiotherapy and/or immunotherapy in a room without air handling system or 
ship lock. Intensive treatment translated to these treatments, in a private room with air handling system or ship lock. 
*** Data collected in 2016. **** Numbers don’t always add to the grand total, as in some questions multiple answers 
were allowed.
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from funding authorities (n=6) and from the pharmaceutical industry (n=5). During this 

meeting, the topics were discussed in two rounds of small group discussions, focusing 

on three guiding questions; (1) What are the unanswered scientific questions on this topic, 

or does it entail an implementation or communicative issue? (2) What type of research is 

most relevant to solve this issue? (3) What collaborations can be useful and who is 

responsible? Following the discussions, a plenary session provided participants the 

opportunity to exchange the insights. 

Data analysis 

The exploratory interviews and FGDs were audio-recorded and transcribed verbatim. 

Summaries of interviews, FGDs, the dialogue meeting, meetings with the project team 

and the advisory board were sent to participants for member check within two weeks. The 

everyday problems and concerns in the interviews and FGDs were analysed through a 

broad interpretive thematic approach, guided by the principles of grounded theory (Green 

& Thorogood, 2004); the transcripts were openly coded by the second author (BdG) using 

Atlas.ti analysis software, followed by more selective coding and categorisation. Frequent 

discussions with the other authors of this study guided the exploration of the themes. The 

causal links and relationships between the everyday problems and concerns, as identified 

by the participants, were visualised in a problem analysis (see Figure 4.2). 

The qualitative data of people’s everyday problems and concerns were complemented by 

the quantitative analysis of the questionnaire results, executed by the first author (AS). 

Research topics were ranked across themes by taking equal account of the topics’ position 

within the theme and of the themes’ ranking. This calculation of the allocated points 

resulted in a prioritised list of all research topics. In this system, respondents could not 

indicate the relative weight of each of their priorities; e.g. the difference in importance of 

their priorities was not necessarily equal between the topics, between the themes or 

between respondents. Therefore, to do justice to the gross prioritisation while avoiding 

façade precision, clusters of high, medium, and low priority were created. The five most 

highly prioritised topics were included in the ‘high priority’ category. Additionally, it was 

decided to include the highest prioritised topic of each theme in this category to ensure 

that all themes were represented at least once. This resulted in a ‘high priority’ category 

comprising nine research topics. A similar approach was chosen to determine which topics 

belonged to the ‘middle priority’ category; the ten next most highly prioritised topics and 

the next most highly prioritised topic of each theme were included in the ‘middle priority’ 

category. Twelve topics were included in this category. All eleven remaining topics were 

classified as ‘low priority’. It was not possible to statistically stratify the results. However, 

trends in prioritisation of topics along the various treatments were examined. 

Compliance with ethical guidelines

No approval of an accredited Dutch medical research ethics committee was needed for 

this study as it did not involve medical research or any form of invasion of the participants’ 
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integrity. Throughout the course of the study, the privacy and confidentiality of all 

participants’ contributions were respected; the interviews and FGDs were recorded after 

verbal consent and all transcripts, summaries and contributions to the questionnaire were 

anonymised. Only two researchers (BdG and AS) had access to the keys of the transcripts. 

4.4 RESULTS

In this section we first present the results on patients’ everyday problems and concerns 

as identified in the consultation phase of this study. This is followed by information about 

the prioritisation of the research topics. Last, the results of the dialogue meeting are briefly 

described. 

Physical problemsPsychosocial problems

Problems in/around 
health care system

Societal 
problems

Ignorance of 
GPs

Ignorance E.I.A. / 
Employers

Uncertainty 
(vigilance, anxiety 
before check-ups)

Changing 
social relations 
(dependence)

Physical problems 
(fatigue, pain, 
GvHD, fertility)

Cognitive problems 
(fatigue, 

concentration-loss, 
memory-loss)

Stigma

Tension between 
daily life and ‘being a 

patient’

Dissatisfaction about 
decision-making 
responsibilities 

health care pathway 

Lack of 
comprehensible  

patient 
information

Lack of flexibility 
E.I.A. / Employers

Anxiety for  
future

Ignorance 
outside world 
about physical 

constraints

Difficulty with 
acceptance of 

physical 
constraints

Problems with 
affordability of 
care (societally)

Perverse role of 
pharmaceutical 

industry 

Financial 
problems

Difficulties mortgages/
insurance/employment 

(job switching)

Loss of 
employment

Problems with equal 
acccessibility to care 

(societally)

Physical 
deterioriation

Worries about 
heritability for 

children

Passing untimely, 
disruption of future 

plans

Consequences of passing 
for spouses and family 

(emotionally and 
financially)

Loneliness

Discomfort in 
large company

Lack of support for 
family & spouses

Diagnosis with and 
treatment of 

HEMATOLOGICAL CANCER

Ignorance and lack of 
empathy of hemato-

oncologists

Reduced 
quality of life

Figure 4.2. Overview of causal analysis of everyday problems and concerns of people with a hematological cancer. 
Abbreviation EIA: Employees Insurance Agency [in Dutch: UWV]. In blue: problems in/around the healthcare system, 
in purple: societal problems, in orange: psychosocial problems, in green: physical problems, in red: cause and 
(ultimate) consequence.
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Analysis of everyday problems and concerns

Participants in the FGDs and interviews provided a broad palette of everyday problems and 

concerns with respect to their haematological cancer. As is illustrated in Figure 4.2, the 

issues were clustered in four categories: problems in/around the healthcare system, 

societal problems, psychosocial problems and physical problems. In addition, participants 

identified relations between the various issues, the root of the problem is presented at the 

bottom, leading to consequences higher up in the figure. A reduced quality of life is the 

ultimate consequence of people’s everyday problems and concerns. 

Diagnosis and treatment of haematological cancer

Participants place the haematological cancer (the diagnosis, the disease itself and the 

treatments undergone) at the heart of many of their personal problems and concerns. In 

co-morbidity situations, participants reported a problematic process of getting diagnosed 

correctly and rapidly. All participants indicated the disease influences their life on various 

levels; the disease itself as well as the treatment cause physical problems, and participants 

also emphasised the psychological impact of the disease. 

Physical problems 

The haematological cancer and the treatments that participants undergo result in a wide 

range of physical problems. Participants regard these as a complex and interdependent 

set of symptoms. Extreme and/or chronic fatigue, both cognitive and physical, is the most 

pressing issue discussed. For many participants, this hinders their daily life substantially:

Around three pm, a blanket of fatigue covers me. […]. I simply can’t do anything anymore, 

not even drive home from work. (Participant during focus group discussion)

In addition to the fatigue itself, the unpredictability and invisibility of the fatigue (“the man 

with the hammer”) hinders respondents in making and executing daily plans. Other physical 

issues are chronic muscle ache (during physical effort), back ache, neuropathy and 

plexopathy, loss of sense of smell and taste, reduced fertility, reduced sexual potency, 

shingles, problems with various organs (oesophagus, stomach, bowels, heart, kidney, liver, 

lungs) and problems with wound healing. Furthermore, allogeneic SCT is a source of severe 

physical problems, often collected under the umbrella-term Graft vs. Host Disease (GvHD). 

Often-mentioned symptoms of GvHD are ophthalmologic problems and extreme dryness 

of the skin. Participants also describe painful mucosa, difficulty in swallowing, loss of hair 

and dental problems. 

Furthermore, highly prevalent cognitive side-effects of treatments, such as memory-loss 

and concentration issues, commonly referred to as the “chemo-brain”, were discussed in 

interviews in the exploration and consultation phase. An interviewee explained how it had 

affected her professional career as she had concentration problems:
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Patient: After the transplantation I could not multitask anymore. Well, especially for a 

woman, that’s a surprise! And it’s hard, too.

Interviewer: And why was this? That you didn’t manage?

Patient: No oversight. Your memory needs to keep track: if I first do this, then I can do 

that next, because then afterwards I’ll return there… Well, that was never my strongest 

suit, but the transplantation puts a magnifying glass on your weaknesses. (Patient during 

individual interview) 

Psychosocial problems 

From the diagnosis throughout the course of the disease, participants note the emotional 

and psychological impact of the disease on their lives. A poignant issue is the uncertainty 

that accompanies the disease: many participants fear its return or revival. Participants 

express an increased vigilance towards their body, and they have to cope with unpredictable 

episodes of fatigue. To them, the diagnosis is a lifelong sentence: 

Participant 1: I was naive to be thinking, in a few years I’ll be my old self again.

Participant 2: But that won’t happen…

Participant 1: Never

(Participants during focus group discussion)

The fear of an untimely death also disrupts participants’ future plans. Concerns about their 

own death are often linked to worries about the practical, financial and emotional wellbeing 

of their family members:

For my spouse, it [untimely death] will be a financial burden, I think, […] She will have 

to continue on her own. The children will miss their dad. They are a little older […] but 

still, losing your father at that age is terrible. (Participant during focus group discussion) 

Acceptance of one’s physical constraints and deterioration is often experienced as difficult. 

Participants feel a tension between their lives ‘as a patient’ and their daily routines. Also, 

social relations with spouses and relatives change as participants are apprehensive of 

becoming emotionally and practically dependent due to physical deterioration. Marriage is 

often put to the test, as partners are also affected: 

You don’t get cancer by yourself, you have to fight it together [as spouses]. If you both 

deal with the anxiety in a different way, there are two parallel circuits. That can be harder 

than expected. (Participant during focus group discussion)

Related to changing social relationships, loneliness is fuelled by societal problems, such 

as loss of employment, as well as by people’s physical fragility and by restrictions on being 

in large groups due to the suppressed immune system after treatment: 
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After the transplantation from a donor, you have to follow a number of commands. […] 

Don’t go to the supermarket, no theatre visits, […]. If you have visitors, no more than 6 

in your living room, etcetera. In the beginning, you agree to take these measures until 

you grow stronger and you don’t have to take medication, which suppresses your 

immune system anymore. But 2.5 years later, I’m still on this medication. […] It’s a lonely 

life. (Patient during individual interview) 

Problems in/around healthcare system 

Participants have unmet expectations of their healthcare providers. Ignorance and a lack 

of empathy of haematological oncologists are frequently mentioned. Many participants 

feel they are treated as an anonymous number rather than a person; they experience a 

lack of recognition and understanding for what they, as patients, are going through. For 

their relatives, support is even scarcer. Although participants can show an understanding 

of their specialists’ professional distance, unclear, incomprehensible and ill-timed 

information provision means that less support is available to them. Following hospital 

discharge, participants are often especially disappointed by the limited knowledge of their 

family doctor (GP) regarding their disease and its long-term consequences: 

Then you arrive at the GP on duty […] and sometimes they will draw conclusions which 

don’t make any sense at all. Then you’ll think, whatever, I’ll just go back home. (Participant 

during focus group discussion)

Regarding participation in decisions regarding healthcare, some participants feel that other 

patients should take more control. However, not everyone wants shared decision making; 

some people prefer to hand over all responsibility to their treating physician. Especially in 

acute situations, it can be difficult to make decisions with long-lasting consequences, e.g. 

regarding treatment options which can affect patients’ fertility. 

Societal problems 

Many participants consider the word ‘cancer’ stigmatising; bystanders are said to “jump 

on the brakes” when they hear about the diagnosis. A respondent explains that the 

treatments and severe GvHD have changed her appearance. On the streets, people stare 

at her, express their unsolicited compassion, or seem to gossip about her. Her children are 

told by peers their mother looks ‘weird’. Such experiences add to tension between 

participants’ ‘daily life’ and their ‘patient-life’, increasing their loneliness. 

In addition to the stigma, participants face incomprehension as their disease is ‘invisible’, 

while their physical constraints are not: 

People don’t see from the outside that you’re ill on the inside. That is difficult, also for 

the outside world. (Participant during focus group discussion) 
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In addition, many participants experience problems at work. Provision of alternative 

employment or adjusted employment circumstances is often problematic and employers 

are afraid their sick employee will be expensive. Participants report disputes with their 

employers, during which support is lacking. Often, loss of employment is particularly painful 

as participants would like to maintain an active role in society. Participants criticise the lack 

of flexibility and the ignorance of the Employee Insurance Agency (in Dutch: UWV), which 

is the government agency responsible for helping unemployed people find suitable work. 

These factors contribute to the loneliness experienced by participants. In addition, the 

financial aspect of participants’ inability to work is discussed. Insurance sometimes covers 

participants’ loss of income insufficiently on the long-term. Gaining a mortgage or taking 

out new insurance can be problematic because of people’s medical record, reducing their 

financial status further. 

Anxiety for the future and a diminished quality of life 

As the haematological cancer directly affects personal futures, participants describe an 

anxiety about their future, diminishing their current quality of life. In addition, factors such 

as loneliness and difficulty with accepting physical deterioration contribute to an experienced 

lower quality of life. Many participants fear physical deterioration, dependence on family 

or social care, and a long and painful deathbed. They also want to receive more, truthful 

information about the palliative phase of their care pathway. Participants with a strong 

desire to stay independent expressed the wish to commit euthanasia when necessary. On 

a societal level, participants are concerned about the continued accessibility and affordability 

of healthcare, acknowledging the high costs of treatment and low prevalence of specific 

diseases. However, these issues are discussed with less urgency than people’s more 

personal worries.

Research agenda

In this section, the quantitative analysis of the prioritised research needs is presented. This 

prioritisation is interpreted with the input gathered during the consultation phase and the 

dialogue meeting. All research themes and individual topics on the research agenda are 

presented in Table 4.3.

In the high-priority cluster, the top-5 topics belonged to two main research themes; “factors 

influencing survival” (24.6% of all allocated points) and “improving wellbeing and quality 

of life” (20.8% of allocated points). The methodological choice was made to include one 

topic of each of the other four research themes (“relieving physical discomfort”, 

“understanding mechanisms of disease”, “improving organisation of healthcare (system)”, 

“policy issues”) in the highest priority category. These topics are marked with an * in  

Table 4.3. These themes were awarded 17.9%, 14.9%, 12.3% and 9.5% of the allocated 

points, respectively. Below we elaborate on the topics that were assigned to the high 

priority category.
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Table 4.3. All research topics under the accompanying research theme, with relative importance of each topic within 
the theme and the relative importance of the themes as well as the assigned priority clusters. 

Assigned 
priority 
cluster

Relative 
priority 
topics

Relative 
priority 
theme

Theme: Factors influencing survival 24.6%

The role of lifestyle on survival High 23.8%

The effect of standardised check-ups on survival High 22.9%

The role of environmental conditions on survival High 19.3%

The effect of vaccinations on survival Middle 18.0%

The effect of self-medication on survival Middle 16.0%

TOTAL 100%

Theme: Improving wellbeing and quality of life 20.8%

Improving memory and concentration problems due to treatments High 29.7%

Improving the support of spouses and family High 21.7%

The role of a sense of meaning on patients’ quality of life Middle 18.9%

Dealing with changes in need for physical intimacy as a consequence of diagnosis and 
treatment

Middle 15.8%

The contribution of emotional support to patients’ quality of life Middle 13.9%

TOTAL 100%

Theme: Relieving physical discomfort 17.9%

Relieving the long-term side effects of a variety of treatments *High 21.9%

Relieving chronic fatigue Middle 20.4%

The prevention of overtreatment Middle 16.3%

Relieving the symptoms of GvHD after SCT Middle 15.7%

The effect of rehabilitation on the physical discomfort due to treatments Middle 14.7%

The effect of treatment on physical sexuality Low 10.9%

TOTAL 100%

Theme: Understanding mechanisms of disease 14.9%

Focusing treatments on individual patients. *High 20.8%

The causal mechanisms of haematological cancers Middle 20.4%

The functioning of new medication in practice Low 17.4%

The emergence and prevention of GvHD after SCT Low 15.2%

The relationship between haematological cancers and other disorders Low 13.8%

The differences between men and women in getting a haematological cancer, and how they 
are affected by treatments

Low 12.4%

TOTAL 100%

Theme: Improving organisation of healthcare system 12.3%

The effect of an interdisciplinary approach to haematological cancer on the wellbeing of the 
patient. 

*High 24.1%

Improving the decision-making with patients concerning acute topics *Middle 21.6%

Improving the knowledge of extramural healthcare professionals (e.g. the GP), about 
haematological cancers and its treatments

Low 19.4%

The effect of a care-coordinator on the wellbeing of patients Low 18.0%

Changing the ‘directive-culture’ in the organisation of haematological oncology care Low 16.9%

TOTAL 100%

Theme: Policy issues 9.5%

The preservation of equal accessibility to medication and treatment *High 24.9%

Reducing the costs of medication *Middle 21.5%

The effect of the regulation and deregulation of the pharmaceutical industry on the 
development and accessibility of medication

Low 18.5%

The evaluation of policy aimed at ‘orphan drugs’** Low 18.3%

Improving the societal support of patients Low 16.9%

TOTAL 100%

TOTAL 100%

* The topic is assigned to the ‘high’ or ‘middle’ priority cluster as the topic was prioritised highest or next-highest within the theme, 
but it does not belong to the top-5 highest or top-10 next-highest prioritised topics, respectively. **Orphan drugs are drugs for rare 
diseases, for which the pharmaceutical industry receives governmental R&D support due to low expected revenues. 
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Factors influencing survival 

The role of lifestyle was the highest prioritised topic in this theme. To participants in FGDs, 

lifestyle revolves around the prevention of the disease, as well as improving the quality of 

life and chances on survival. The underlying experienced problem contributing to this research 

topic is a lack of control in the occurrence and course of the disease; participants feel they 

can fight their feelings of helplessness and passivity by taking control of their lifestyle: 

Well I think nutrition gives you some hold on life, and I think it’s nice to have the idea 

that you can actually do something, next to taking all these terrible pills. (Participant 

during focus group discussion) 

The topic of the effects of standardised check-ups on survival was also highly prioritised. 

Participants describe a level of arbitrariness in the continuation of check-ups after they 

have been declared cured, while their vigilance continues to exist. Participants to FGDs 

advocate research into the effects of standardisation of aftercare. Also, they would like to 

improve the efficacy of these check-ups and be provided with information regarding the 

late side-effects of treatments. Some participants experience the check-ups as an emotional 

burden because it reminds them of the possible return of the disease. 

Participants also highly prioritised research into the role of environmental context on 

survival. ‘Environmental conditions’ can vary between bacteria in the domestic sphere, 

toxic substances or air pollution, and research can span the influence of environmental 

conditions on the occurrence of the disease, as well as its effect on people’s survival after 

treatment. 

Improving wellbeing and quality of life

Improving memory and concentration problems (“chemo-brain”) is highest prioritised in 

this theme. Research questions can focus on the mechanism of occurrence, prevalence, 

and effective relief strategies. For example, in the consultation phase, an interviewee was 

curious about the efficacy of existing or new training schemes, such as neuro-feedback 

training, to improve patients’ memory and concentration.

The lack of emotional and practical support for participants’ family members was an often 

mentioned issue in the FGDs. Participants want to know which support schemes can be 

effective in improving the wellbeing and quality of life of their spouses and children, and 

how this would affect their own quality of life. Attendees at the dialogue meeting agree 

that haematological oncologists generally pay little attention to the emotional wellbeing of 

family and friends, assigning such care to the oncological nurse mentoring the patient. 

Relieving physical discomfort

Relieving the long-term side effects of treatments was considered the most important 

research topic in this theme. Participants who were diagnosed and treated for their 

haematological cancer in the distant past, face ignorance and a lack of interest in relieving 

the long-term side effects of the treatments: 
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I notice that physicians and researchers prefer to focus on the large group of patients 

with whom they can truly achieve something in the curation part. The late effects, 

especially when the numbers of patients are small, then it gets tricky. Every time I hear 

again, we’re sorry, but we don’t know what your risk is because we’ve never studied it. 

(Participant during focus group discussion) 

As the survival rates of people with haematological cancer have increased, the group of 

survivors experiencing late side-effects is growing. Attendees at the dialogue meeting 

suggested utilising an existing database of side-effects of treatments to map out more 

extensively the side-effects of current and new treatments. Their rationale was that only 

when the late side-effects are properly inventoried will it be possible to study how to relieve 

them. 

Understanding mechanisms of disease

Many participants highly prioritised the topic of ‘personalised medicine’, namely treatment 

approaches aimed at customising the therapy to the individual patient to maximise its 

chance of success and reduce over-treatment. This topic was classified as fundamental 

research because it includes recent developments in, for example, immunotherapy. To 

some participants, immunotherapy was a ‘buzz-word’ because they were particularly 

interested in improving their chances of being cured: 

Now that immune system, [...] directed by immunotherapy, that is supposedly the 

solution. [...] It’s the personalised solution to make your immune system work for you 

to destroy those cancerous cells (Participant during focus group discussion) 

Attendees at the dialogue meeting plead for international collaborations to encourage a 

focus on this research topic. At the same time, they warn against false hope; they consider 

it the responsibility of patient organisations and haematological oncologists alike to temper 

the high expectations of some patients regarding this topic. 

Improving organisation of healthcare system and policy issues

More interdisciplinary collaboration between medical and non-medical professionals, such 

as haematological oncologists, psychologists, social workers and occupational physicians, 

was the highest prioritised topic in this theme. In the consultation phase many participants 

brought to the fore that such collaboration is important for improvement of the wellbeing 

of patients:

If you don’t exactly fit the bill, then it gets complicated. And these multidisciplinary teams 

don’t function properly yet. (Participant during focus group discussion) 

Some participants broaden this collaboration by specifically calling for a holistic view of the 

patient and the inclusion of complementary medicine practitioners to the range of 
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collaborating healthcare professionals. Participants also note differences between hospitals 

in the interpretation of rules and regulations regarding funding and accessibility of 

treatments and medication. They therefore prioritise the preservation of equal accessibility 

to medication and treatment. 

Stratification of research priorities 

Although no statistical stratification could be attempted due to the small number of 

respondents, it was possible to observe prioritisation trends in the largest treatment groups 

(see Table 4.1): wait and see phase, non-intensive treatment; intensive treatment and SCT. 

The group of respondents who had received or were receiving palliative care was too small 

(n=4) to be meaningfully included in this stratification, while the group ‘other’ (n=25) was 

presumed too diverse. No change in prioritisation of the overall research themes was 

observed. However, a shift in a few research topics could be found; e.g. people in the Wait 

and See phase give less prominence to the topic ‘Relieving the long-term side effects of 

a variety of treatments’ than other respondents. Also, prevention and relief of the symptoms 

of GvHD is especially highly prioritised by people who have undergone an SCT. These shifts 

in priority are not surprising given the stage of respondents’ disease. Albeit limited, this 

stratification indicates that most priorities are shared equally across the different groups 

of respondents.

Dialogue meeting

At the dialogue meeting, all highly prioritised research topics were discussed in small 

groups. Additionally, the research agenda and implications for its implementation were 

discussed plenary. Attendees noted that some research topics are confined to the Dutch 

situation. For example, more interdisciplinary collaboration in the healthcare system is 

considered to be a context-specific research topic. Attendees considered that several 

research topics call for an international approach as the findings can be generalizable and 

the costs for clinical research are generally high (e.g. personalised medicine). In addition, 

they agreed that the next steps regarding the research topics is variable. Some topics need 

more research attention, such as relieving long-term side effects of treatment. In other 

cases, healthcare professionals and researchers could benefit from knowledge generated 

outside of haematological oncology. For example, support structures for patients’ spouses 

and families could be based on similar schemes in practice in breast cancer care. On the 

whole, the attendees at the meeting expressed their willingness to assist in the 

implementation of the research agenda and they were all eager to continue the dialogue 

with Hematon on further collaboration. 

4.5 DISCUSSION

The research themes presented in this study generally correspond to the earlier work on 

research priorities of people with haematological cancers, as investigated by Clinton-

McHarg et al. (2010) and Merode et al. (2016). The most highly prioritised research themes 
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identified in our study correspond to the findings of Clinton-McHarg et al. (2010), namely 

that AYAs with haematological cancer prioritise clinical medicine and psychosocial research. 

This also links to the strained balance between spending research money on improvement 

of survival rates or on improving patients’ quality of life. However, as the study by Clinton-

McHarg et al. (2010) does not specify any subdomains except psychosocial research, a 

more fine-grained comparison with our findings is difficult. Merode et al. (2016) investigated 

the research priorities of people with MM or WD. The prominence of the problems in the 

healthcare system as encountered in the consultation phase of our study resembles their 

conclusion that “aspects concerning communication (involving the patients in decision 

making process, supplying good information, having good communication skills) were 

regarded as very important by the participants” (van Merode et al., 2016, p.15). However, 

the prioritisation of the topics by respondents in the study of Merode et al. (2016) differs 

somewhat from our study because communication problems were not prioritised highly 

by our participants. 

On the research agenda, a number of topics are specific for haematological cancers. 

Research to alleviate physical discomfort caused by treatments, in particular the side-effects 

of GvHD, is quintessential for haemato-oncology and it could contribute to improving 

patients’ health-related quality of life (Frodin, Lotfi, Fomichov, Juliusson, & Borjeson, 2015). 

However, research into other everyday problems and research needs, such as employment, 

fatigue, wellbeing, regaining control and lack of support for patients’ relatives, can be, and 

increasingly are, addressed by the general oncological research field (Curt et al., 2000; Kim, 

2007; Stenberg, Ruland, & Miaskowski, 2010). Participants’ complaints about impersonal 

care and a lack of empathy of physicians is consistent with general literature on oncological 

patients’ perspectives on good quality care (Attree, 2001). Last, similar to our participants, 

US oncological patients also experience direct and indirect financial costs of cancer care 

on top of the emotional and physical hardships of the disease itself (Kim, 2007). This 

indicates that some everyday problems and research needs may transcend the national 

health systems’ context. 

Contextualisation of the main research findings

A strength of the present study is the contextualisation of patients’ research needs in the 

light of their everyday problems and concerns. For example, the research priority “effect 

of lifestyle on survival” indicates that people with haematological cancer have the desire 

to gain control over their lives. Patients want evidence-based directives to change their 

lifestyle as they want to combat their sense of helplessness. Similarly, the topic “physical 

(late) side-effects of treatment” was intensively discussed during the consultation phase, 

and research into relieving this burden was highly prioritised. 

Disparities between the FGDs/interviews and prioritisation of the research topics can also 

be observed. For example, participants in the consultation phase discussed frustrations 

about healthcare provision and societal issues, such as employment issues and financial 

Thesis_Anne_Floor.indb   78 15-10-18   06:37



Research agenda haematological cancers

79

4

troubles, as an additional burden on top of the distress of the disease itself. However, 

these topics were not highly prioritised on the research agenda. Instead, respondents in 

the priority-setting phase put more emphasis on the importance of understanding factors 

influencing survival. A possible explanation for this disparity could be that the participants’ 

wish to cure the disease was regarded as self-explanatory in FGDs and interviews. The 

questionnaire indicates that the implicit emphasis on improving survival in the consultation 

phase, should not be mistaken for a low priority. 

The contextualisation of patients’ research needs reveals that a direct relationship with 

patients’ everyday problems and concerns cannot be assumed. Patients may consider 

other strategies than research (e.g. policy measures) more appropriate to address certain 

everyday problems, whereas research topics may be prioritised without addressing one 

specific everyday problem or concern (e.g. personalised medicine). Although it is beyond 

the scope of this article, it could be interesting to examine more in depth to what extent 

patients’ lived experiences are complemented by public discourse or replication of their 

healthcare providers’ opinion, and to what extent people’s prioritisation is motivated solely 

by their experiential knowledge or also by other sources of information. Studies on the 

medicalisation and pharmaceuticalisation of society (for example, Williams, Martin, & Gabe, 

2011), on enclave deliberation (Nierse & Abma, 2011) and on effective inclusion strategies 

for patients in knowledge co-production processes (Elberse et al., 2011) can be valuable 

in this debate as they all explore the nature of experiential knowledge from a different point 

of view. 

Methodological considerations 

The mixed-method approach, in which everyday problems and concerns and research 

topics were covered in depth by FGDs and interviews and in breadth by the questionnaire, 

is one of the strengths of this study. Through our methodological approach, we have 

attempted to stay as close to the lived experiences of the target population as possible. 

The combination of close collaboration throughout the project with patient representatives 

on the one hand, and including patients without any representative function in the 

consultation and priority-setting phase on the other, has contributed to this effort. By 

stimulating enclave deliberation (Nierse & Abma, 2011) and by paying attention to verbal, 

behavioural and circumstantial inclusion strategies for patients (Elberse et al., 2011), the 

results provide a rich account of the patient perspective. 

During the study some difficulties were encountered regarding the recruitment of patients 

for the FGDs. As a result, two separately planned FGDs (‘SCT’ and ‘in treatment’) yielded 

too few patients and were therefore merged in one FGD. To achieve data saturation, six 

additional interviews were organised with underrepresented groups of participants. In 

these interviews and in the questionnaire, few new topics emerged, indicating data 

saturation. The questionnaire also yielded fewer respondents than we had aimed for. As 

a result, we were obliged to dispense with statistical stratification of the research topics. 
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Additionally, it should be noted that the survivors of potentially deadly haemato-oncological 

disease were found to value research into wellbeing, while it is possible that those who 

have died might have placed greater emphasis on finding a cure for the disease.  

Although we attempted to cover this knowledge gap by interviewing several people in the 

palliative phase, it is possible that the emphasis of the entire patient population on a cure 

is underestimated. 

Last, the methodology paid no explicit attention to cost-benefit ratios of different 

research topics or to the international research landscape. Research costs were 

discussed in meetings with the advisory board, in a number of FGDs and at the dialogue 

meeting. In the priority-setting phase, however, respondents’ attention was not diverted 

to optimising resource allocation strategies but instead focused on their research needs, 

irrespective of financial, organisational or logistical constraints. It is proposed to include 

this dimension more extensively in the next steps regarding the implementation of the 

research agenda. 

Recommendations for implementation

To move from a research agenda to effective implementation of the prioritised themes, a 

number of recommendations can be formulated. As described by Pittens, Elberse, Visse, 

Abma, and Broerse (2014), collaborations with researchers, healthcare professionals and 

funding agencies should be encouraged to get to the heart of the various research topics. 

Such dialogues facilitate the effective implementation of the research agenda into research 

practice. In the follow up, programming, phase, Hematon will contact relevant teams of 

researchers and healthcare professionals in order to translate the research themes into 

specific topics and questions. The dialogue meeting can be considered a fruitful starting 

point for this endeavour, as it kindled enthusiasm for the research agenda amongst key 

stakeholders in the field, including researchers, policy-makers, and members of scientific 

advisory board. Keeping the momentum is crucial in this phase; as other stakeholders need 

time to become accustomed to the inclusion of the patients’ perspective, the timing of 

the research agenda in relation to developments in the field is important (Pittens et al., 

2014). With this research agenda, Hematon possesses a valuable tool to obtain a seat at 

the decision-making table, thus empowering their patients’ position. 

4.6 CONCLUSIONS

This study aimed to formulate a research agenda by and for people with haematological 

cancer by investigating the everyday problems and concerns of the target population with 

regard to their disease, and by identifying and prioritising research themes from their 

perspective. The study yielded a wide range of interconnected problems and concerns. At 

the individual level, participants experience a cascade of psychosocial and physical issues 

due to the diagnosis, the disease itself and the accompanying treatments. Fatigue is 

discussed as requiring urgent research attention, as well as the feeling of uncertainty which 
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participants experience. In addition, fear of physical deterioration and changing social 

relations, especially losing one’s independence, contribute to people’s anxiety about the 

future. Societal issues, such as ignorance and lack of flexibility amongst employers, and 

troubled interactions with healthcare providers, are also mentioned. These factors 

contribute, directly or indirectly, to participants’ experienced reduction in quality of life. 

The highly prioritised topics on the research agenda indicate that, in addition to improving 

patients’ experienced wellbeing, questionnaire respondents want resources to be allocated 

to research into lifestyle factors contributing to improved survival rates. Research into 

mechanisms of disease, and research of a social scientific nature into the organisation of 

healthcare and related policy issues, is prioritised to a lesser extent. 
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ABSTRACT

Despite the relatively high prevalence and challenges of visual impairments, limited funding 

is available for ophthalmologic research in the Netherlands. The research needs of people 

with visual impairments could aid the ophthalmological research community to optimally 

distribute research resources. The objective of the study presented here was to identify 

daily life problems, concerns, and wishes for future research from people with 

ophthalmological disorders, visual impairments, or deafblindness in order to set a research 

agenda that provides directions for future ophthalmology research. A four-phase participatory 

research approach was carried out using mixed methods to stimulate needs-articulation. 

Eight focus group discussions, seven feedback meetings, and seven interviews were 

organised, in which 89 consumers were consulted. Surveys to prioritise the topics were 

developed for both the medical and socio-psychological topics, which were completed by 

784 and 631 respondents, respectively. For the medical research agenda, research directly 

aimed at the cause of the ophthalmological disorders was considered more important than 

research aimed at improving quality of life. The themes “new and regenerative medicine,” 

“cause and disease mechanism,” “prevention and diagnosis,” and “improvement of 

current treatments” were prioritised as high. For the socio-psychological agenda, needs 

concerning the “improvement of technologies for people with visual impairments” and 

“navigation, orientation, and accessibility of public space” were considered top priorities. 

The identified research needs were relatively uniform across different consumer groups, 

providing opportunities for joint action. The research agenda included themes that can be 

taken up by “traditional” ophthalmological research, more broadly defined health care–

related research, and more policy-influencing strategies. The research needs could help 

researchers and policymakers in ophthalmology and visual impairment research to guide 

their research focus and legislation priorities.
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5.1 INTRODUCTION 

Considering the high prevalence and both physical and mental considerations related to 

visual impairments (Chia et al., 2004; Nyman, Gosney, & Victor, 2010; Ramrattan et al., 

2001), the field of ophthalmology in the Netherlands is relatively small when measured by 

allocated research resources (S. Imhof, personal communication, March 28, 2015), yet of 

a high academic standard (Guerin, Flynn, Brady, & O’Brien, 2009). Underlying reasons for 

this lack of funding are possibly the invisibility of the disability, the fragmented consumer 

community, and the high age of onset of most ophthalmological diseases. Given this limited 

funding, optimal distribution of research resources is of vital importance. A research 

agenda— a list of relevant topics in a specific field—can be a helpful tool in providing 

direction for future ophthalmology research, and can be of value to research institutes and 

funding agencies (Pittens et al., 2014). 

Our study investigated the research needs of people with a range of ophthalmological 

disorders, including visual impairments or deafblindness. It aimed to provide the research 

community with important input to such an agenda. According to Caron-Flinterman, 

Broerse, and Bunders (2005) and (Oliver et al., 2001), individuals possess a unique 

perspective on their own disabilities, since they deal with the consequences of disability 

on a daily basis. In addition, such individuals benefit most directly from the outcomes of 

scientific research and, therefore, have the moral right to be involved in the decision-making 

process concerning their impairments (Goodare & Smith, 1995; Jenny Popay & Williams, 

1996). Last, involvement of people with disabilities in a research agenda setting could 

increase the legitimacy of research (Collins & Evans, 2002; Williamson, 2001). For these 

reasons, the involvement of medial patients in setting research agendas has already taken 

place in the Netherlands; for instance, on burns (Broerse, Zweekhorst, van Rensen, & de 

Haan, 2010); asthma, chronic obstructive pulmonary disease (COPD), and rare lung diseases 

(Caron-Flinterman, Broerse, Teerling, & Bunders, 2005; Elberse, Laan, et al., 2012); and, at 

a more general level, medical products (Elberse, Pittens, de Cock Buning, & Broerse, 2012). 

People with visual impairments have sporadically been consulted about their opinions on 

scientific research topics and conduct (Duckett & Pratt, 2001; Elberse, Pittens, et al., 2012; 

Sight Loss and Vision Priority Setting Partnership, 2013). The aim of this article is, therefore, 

to identify daily life problems, concerns, and wishes for future research from people with 

vision loss in order to set a research agenda that provides directions for future ophthalmology 

research.

5.2 METHODS

Research activities were carried out along the lines of the Dialogue Model (Abma & 

Broerse, 2010). This approach is one of two available research agenda–setting 

methodologies. The Dialogue Model is designed and validated in the Netherlands; the 
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other agenda-setting strategy, developed by the James Lind Alliance (Cowan & Oliver, 

2016), is mainly in use in the United Kingdom. Both approaches can be interpreted as 

the operationalisation of the first component (topic generation) of the Patient-Centered 

Outcomes Research Institute (PCORI) framework, which focuses on the broader issue 

of research gap identification and prioritisation (Wald, Leykum, Mattison, Vasilevskis, & 

Meltzer, 2014). In contrast to the James Lind Alliance approach, the Dialogue Model is 

explicitly based on the daily life experiences, problems, and concerns of the target 

community. This subsequently aids in the identification of their research wishes. These 

experiences aid in contextualising the research themes that result from the collaborative 

and consultative endeavour. 

The Dialogue Model is based on a responsive methodology and the interactive learning 

and action approach (Abma & Broerse, 2010; Broerse, Elberse, et al., 2010). It is grounded 

in six principles: active engagement of patients, favourable social conditions, respect for 

experiential knowledge, dialogue, emergent and flexible design, and process facilitation. 

The Dialogue Model has been validated as an effective tool for investigating and explicating 

stakeholders’ opinions regarding the setting of research agendas (Abma & Broerse, 2010; 

Abma, Pittens, Visse, Elberse, & Broerse, 2014; Caron-Flinterman, Broerse, & Bunders, 

2005; Elberse, Pittens, et al., 2012; Nierse, Abma, Horemans, & van Engelen, 2013). It was 

originally comprised of six phases, of which the first four were executed in the project 

presented here: exploration, consultation, priority setting, and agenda setting.

A project group was established, consisting of eight consumer representatives and the 

authors of this article. The consumer representatives in the project group were both 

volunteers and employees of the Eye Association Netherlands (EAN) and the MD (Macular 

Degeneration) Association, including the director and president of the respective 

associations. The principal task of this project group was to discuss all substantive decisions 

during the course of the project. In addition, an advisory board comprising five leading 

experts in ophthalmology and visual impairment research and care was formed to provide 

the project group with advice on the course of action during the project and to reflect on 

intermediate results. Advisory board members were the president and former president 

of the Dutch Ophthalmic Society, the president of Optometrists Association Netherlands, 

and two board members of Visio and Bartimeus, respectively, two leading rehabilitation 

organisations in the Netherlands.

Data collection

Exploration phase

Six representatives of people with visual impairments were interviewed to provide insight 

into the community. Considering the heterogeneous nature of the target group, special 

attention was paid to the representation of major relevant ophthalmological diseases and 

several degrees of severity of visual impairment. The interviewees were members of EAN, 

which represents people with retinal disorders and glaucoma, and parents of children with 
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visual impairments; and the MD Association. The interviews comprised two main parts: 

an initial consultation of daily life problems, concerns, and research wishes of the target 

population the interviewees represented; and social conditions and tips to be taken into 

account for the next phase of the research project.

Consultation phase

Guided by input from the interviews, eight focus group discussions, seven feedback 

meetings, and four additional semi-structured interviews were organised to further identify 

daily life problems, concerns, and research wishes of the target population. A total of 89 

participants took part (see Table 5.1). Focus group discussions were assigned to a major 

ophthalmological disease (glaucoma, macular degeneration, retinal disorders, and 

deafblindness), a specific target group (parents of children with an ophthalmological 

disease), or severity of the visual impairment (blindness or low vision).

Focus group discussions lasted 2.5 hours and were organised at a centrally located and 

accessible meeting venue in Utrecht, the Netherlands. Transportation assistance from the 

train station to the meeting venue was provided. Participants were recruited via EAN and 

the MD Association. In the process of setting a research agenda for a target group, it is 

Table 5.1. Participants in focus group discussions, feedback meetings, and interviews in consultation phase.

Group Data collection moment* Number of participants

Glaucoma FGD 11

FBM 3

Macular degeneration FGD 12

FBM 3

Retinal disorder (excluding macular 
degeneration)

FGD 8

FBM 3

Deafblindness FGD 4

FBM 2

Parents of children with visual impairments FGD 6 +1 grandmother

FBM 3

Blind people, mixed aetiology FGD 10

FBM 2

People with partial visual impairment,  
mixed aetiology

FGD I
FGD II
FBM

8
4
2

Younger (aged 30–38), employed people with 
visual impairments (partial or blind)

Individual interviews 3

Corneal disorders Group interview 3

Retinopathy of prematurity Individual interview 1

Total All collection methods 89

* FGD = focus group discussion; FBM = feedback meeting.
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important to first investigate daily life problems and concerns and then to translate these 

into research topics (Abma & Broerse, 2010). To this end, the focus group discussion design 

comprised the following parts: introduction; identification of daily problems of individuals; 

identification of concerns; and proposing solutions with respect to scientific research to 

address these problems and concerns. The resulting topics were first classified into three 

categories—medical, paramedical (relating to devices), or socio-psychological— and then, 

after noting the small number of paramedical issues, into two categories (medical and 

socio-psychological). Any questions to which scientific research could not contribute were 

noted but not further discussed. 

Subsequently, a series of feedback meetings were held. Participants, who were members 

of EAN and MD Association, were invited as consumer-representatives and had not taken 

part in the focus group discussions. Participants in the feedback meetings received the 

summary of the focus group discussions in advance and were asked to reflect upon the 

findings. The composition of the focus group discussions, recognition of the discussions, 

and any underexplored topics were discussed. 

After the focus group discussions and feedback meetings, additional interviews (N = 7) 

were held to include the perspectives of under-represented consumer groups. Respondents 

were recruited via purposeful sampling and were interviewed individually or in a small 

group using an interview guide comparable to the focus group discussion setup.

Priority setting phase

Questionnaires were developed for the medical and socio-psychological topics, which were 

clustered according to themes: seven themes for the medical survey and six themes on 

the socio-psychological survey. Respondents were asked to allocate a gold, silver, or bronze 

medal to the research topics they considered most important. Medals were awarded within 

each theme and across themes within the particular questionnaire. Respondents were 

given the option of adding uncategorised topics to the questionnaire at the end. These 

were, however, not prioritised. The medical and socio-psychological questionnaires were 

linked, so people could complete both surveys by filling in their personal details (age, 

gender, age of onset and severity of visual impairment, type of ophthalmological disease, 

and membership in a consumer association) only once. 

The questionnaires were publicly available digitally via the online tool Survey Monkey and 

on paper. Advice was sought on an appropriate print font and format for the paper version 

of the survey. Adjusted formats were available upon request. The online questionnaires 

were pretested by people with visual impairments using various computer software 

programs (JAWS and Supernova, providing braille and speech support) to check for 

compatibility. Personal assistance was not proactively offered due to workload constraints, 

but was offered when respondents indicated they were encountering problems with the 

format. Recruitment of respondents took place via several communication channels of the 
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EAN and the MD Association, such as social media, mailing, and an advertisement during 
an annual visual impairment consumer fair. The running time of the survey was four months. 
Halfway through the term, additional calls were sent out for people with deafblindness, 
nystagmus, corneal disease, and cataracts to increase their response level in the survey. 
In total, 566 people completed both questionnaires, with 218 responding to the medical 
questionnaire and 66 the socio-psychological questionnaire only.

Agenda-setting phase
The most prioritised research topics were discussed during a dialogue meeting with 32 
consumer representatives and stakeholders from various ophthalmological health care, 
research, and funding authorities in the Netherlands. The goal of this meeting was to 
present and discuss the preliminary outcomes and to create support for further 
implementation of the research agenda by different stakeholder organisations.

Data analysis

All focus group discussions and interviews were audiotaped, transcribed verbatim, and 
summarised. Summaries were sent to all participants for member check. Using the analysis 
software MAXQDA, thematic content analysis of the transcripts resulted in a list of daily 
problems and concerns. A problem analysis was carried out to unravel the relationships 
between these daily problems and concerns by identifying both explicit (extracted from 
the transcripts) and implicit (interpreted by the researchers) relationships. 

The questionnaire was analysed quantitatively by awarding each gold, silver, and bronze 
medal with three, two and one points, respectively. Research topics were prioritised across 
themes by an equal contribution of the awarded points within the theme, and for the 
awarded points of the theme under which the topic fell. This resulted in a list of all research 
topics, irrespective of theme, of declining priority. As the points quantify the priorities 
artificially and cannot be verified either between or within respondents, a classification 
system consisting of a high, medium, and low priority range was decided upon. Demarcation 
between high, medium, and low priority was determined by manually selected cut-offs, 
which resulted in two top-priority classes of nine medical and nine socio-psychological 
research topics. To measure differences between the various groups of respondents, 
stratification analysis of the highly prioritised research topics was performed between 
ophthalmological disease, severity of the visual impairment, age, gender, and membership 
in a consumer association using an unpaired two-tailed t-test in SPSS with a Bonferroni 
correction to adjust for multiple testing.

Ethical considerations

The study respected privacy and confidentiality. It did not need the approval of an accredited 
Dutch medical research ethics committee, since it did not concern medical research or 
any form of invasion of the participants’ integrity, and anonymity was guaranteed. The 
declaration of Helsinki was applied to the work with participants in interviews and focus 
group discussions.
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5.3 RESULTS

We first describe the causal analysis of daily life problems and concerns. Second, we 
present the medical and socio-psychological research agendas. Last, the results of the 
stratification of research priorities are given.

Causal analysis of daily life problems and concerns 

Figure 5.1 presents a simplified version of the problem analysis on daily life problems and 
concerns, as identified in the consultation phase. A reduced quality of life is placed at the 
top of the analysis. The rest of the diagram illustrates the origins of this problem, which 
relate to facets of daily life and the negative feelings about life in general that experiencing 
such problems can generate. 

In this paper, two examples of the problem analysis are elaborated upon: reduced mobility; 
and problems with social interaction, fatigue, and acceptance of impairment. These 
examples have been selected out of many because they relate to the most pressing 
research topics prioritised by the target population.

Reduced mobility
Almost all participants in the focus group discussions pointed out that reduction in mobility 
was caused both by the visual impairment itself and by the norms of a visually oriented 
society: 

People tend to work visually, with icons. Using GPS, people can use maps, use Google 
maps, or Google Earth. That’s perfectly fine for those who see it, but a discrepancy 
arises between what people see and what they express verbally.
(Participant during focus group discussion)

Society provides more complications for people with visual impairments: a chaotic 
organisation of public space, unreadable public transport information, inaudible broadcasting 
systems, and poorly visible sidewalks are but a few of the hurdles these people face when 
moving about outside (see Figure 5.2 for a more extensive overview). These factors disturb 
a person’s ability to orient him- or herself, cause fear of losing balance, and cost time for 
travel preparation, thus hindering mobility. Reduced mobility in turn reduces an individual’s 
independence, causes social isolation, and reduces the overall enjoyment of life:

One of the main troubles is the effort it takes to get somewhere... When you go out 
on your own, which I do regularly, it’s tight and sometimes frightening. And it requires 
more organisation. From train station to train station is quite fine, but you have to trust 
people, at which I’m improving... But when you need to get to a building by yourself: 
you need to be accompanied, you need to arrange that... It requires more organisation. 
I haven’t managed on my own yet. That’s my main trouble.
(Young, employed visually impaired person during interview)
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Problems with social interaction, fatigue, and acceptance of the visual impairment

Many respondents indicated that people with vision loss often face incomprehension and 

even stigmatisation due to the lack of obvious visible symptoms of visual impairments and 

Figure 5.1. Simplified version of the problem analysis
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ignorance in the general population about the consequences of ophthalmological disorders. 
In addition, in social interactions, eye contact and nonverbal communication are partly lost, 
causing people to have difficulty building up friendships. Spontaneity and communication 
are hindered. For example, it can be hard to recognise people at parties and on the street: 

When there’s a party, for example, with some people you know and others you don’t, 
then it’s hard to get in touch. Where is whom? Simply because I don’t recognise the 
faces anymore. When I’ve talked to someone and later someone addresses me, I’m 
afraid to tell the same story over again. Because I don’t remember to whom I talked 
anymore because I don’t recognise him... Sometimes when I’m in doubt, I keep [my 
mouth] shut.
(Participant during focus group discussion) 

In the focus group discussions, many respondents said that they experience fatigue as a 
result of the difficulties faced in social life, disturbed biorhythms, side-effects of medications, 
or simply because all daily routines require more attention: 

You wake up in the morning, you have to search for your clothes. You drop your 
toothpaste, you can’t simply look for it and pick it up—no, you have to search the entire 
floor... Everything requires more energy.
(Participant during focus group discussion)

Figure 5.2. Overview of mobility issues for people with visual impairments.
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Moreover, for many participants, the acceptance of their vision loss is hampered in multiple 

ways by: reducing their self-esteem, making it more difficult to find a partner, and causing 

fatigue. This difficulty in accepting the vision loss reduces the quality of life, directly and 

indirectly, through social isolation and fear for the future.

Medical and socio-psychological research agendas 

Table 5.2 lists the highest prioritised research topics for the medical and socio-psychological 

research agendas. Concerning the medical research agenda, many people would like more 

resources and attention to be allocated to tackling the cause of their problem, the 

ophthalmological disorder, rather than improving the quality of their life through other 

means. The theme “new and regenerative medicine” gained 23% of allocated points, 

resulting in many topics under this theme being listed high on the medical research agenda. 

Also the themes “cause and disease mechanism,” “prevention and diagnosis,” and 

“improvement of current treatments” were prioritised high with, respectively, 21%, 21%, 

and 20% of the allocated points. On the socio-psychological research agenda, much 

attention was paid to the “improvement of technologies for people with visual impairments,” 

32% of the allotted points. Socio-psychological research should, according to visually 

impaired people, mainly focus on improving their self-sufficiency. The theme “navigation, 

orientation, and accessibility of public spaces” corresponds directly to the troubles in 

mobility that were mentioned in the focus group discussions, and yielded 20% of the 

awarded points. 

In response to the open question as to whether respondents missed any topics on the 

survey, 20 respondents added a question regarding the impact of a visual impairment on 

a family setting to the socio-psychological agenda. However, considering the low importance 

given to the theme “psychosocial acceptance” in general (8%), it is doubtful whether this 

topic would have been prioritised highly.

Stratification of research priorities 

The research priorities were stratified based on type of ophthalmological disease, severity 

of the visual impairment, age of onset of the visual impairment, gender, age, and 

membership in a consumer association. Based on this stratification, it appears that the 

heterogeneously composed group of respondents prioritised research topics relatively 

homogeneously. Top priorities varied little across groups of respondents. No significant 

differences were found regarding stratification of the results according to gender and 

severity of the visual impairment. Age was a factor of little influence in prioritisation even 

though, in accordance with the aging consumer population, a relatively older age group 

filled out the survey. The survey was filled out by a relatively small group of non-members 

of a consumer organisation, who prioritised research topics almost identically to members.

Age of onset proved to be a significant factor for some medical and socio-psychological 

research themes. Respondents who experienced visual impairment at a younger age 
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Table 5.2. The highly prioritised topics, including associated themes

Theme Topic 

Medical research agenda 

New and 
regenerative 
treatments 

 – Stem cell therapy which can replace lost eye tissue. Stem cell therapy means 
transforming one’s own cells to replace lost tissue. 

 – Gene therapy to make the eyes function properly again. Gene therapy means 
changing the genetic code of defect cells to make them function properly again

 – Replacement or repair of the retina 

Prevention and 
diagnosis

 – The influence of diet and lifestyle to avoid my ophthalmological disorder, or the slow 
down or stop its progression

 – Heritability-research on my ophthalmological disorder to predict more accurately 
whether (grand)children of people with my ophthalmological disorder have a greater 
chance of developing my ophthalmological disorder

 – Improvement of eye tests and visual field examination to decrease the burden for 
patients and to improve its reliability

Cause and disease 
mechanism

 – Course and progression of ophthalmological disorders 

 – The influence of an early diagnosis on the development of the ophthalmological 
disorder

Improvement of 
current treatments

 – Prevention of serious complications during eye surgery

Socio-psychological research agenda 

Improvement of 
technologies for 
people with a visual 
impairment 

 – Which generally accepted technologies are directly accessible and usable for people 
with a visual impairment

 – Simple method to make product information on packaging accessible. This 
information includes the product itself, best-before date, or the list of ingredients on a 
mix package. 

 – Improvement of a technique to convert printed and written texts (including course 
material) into an accessible format by and for people with a visual impairment

 – How can generally accepted technologies (like Google glass, smartphones, tablets, 
indoor GPS, etc.) be adjusted to make them accessible for people with a visual 
impairment to replace (expensive) devices

 – Providing barrier-free (domestic) appliances through the use of an App to be 
connected to various devices. This way it is unnecessary to adjust everything 
separately for people with a visual impairment 

 – Development of auditory/tactile information functions of everyday appliances with 
which for example a coffee maker, washing machine or microwave can be provided 
with voice-controlled or tactile information functions. 

Navigation, 
orientation, 
accessibility of public 
space 

 – Improvement of a GPS-system in such a way that it also indicates environmental 
information such as signposts, trees and other obstacles in public space. Could also 
be used to find one’s way indoors (in buildings) 

 – Making the OV-chip system [payment system in public transport in the Netherlands] 
user-friendly for people with a visual impairment

Improvement of 
health care and 
rehabilitation care 

 – Improvement of coordination, delivery and reimbursement of devices considering a 
changing aid-need when vision is diminishing 
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tended to prioritise research themes regarding revalidation and reintegration schemes and 

employment opportunities. Also, they were more interested in genetic factors influencing 

the onset and progression of their ophthalmological disorder. Respondents with a later age 

of onset prioritised retaining social support structures for people who became visually 

impaired at a later age, and they were interested in the influence of an early diagnosis on 

the progression of the disease. This latter topic was also highly prioritised by sighted people 

who had an increased risk of developing visual impairments. 

When results are compared between various ophthalmological diseases, some of the highly 

prioritised topics can be explained by the nature of the disease. The application of glaucoma 

medication is, for example, considered a burden for people with glaucoma, which translated 

to a greater desire for technologies to apply the medication more purposefully and less 

frequently. Similarly, the retina is unscathed for people with glaucoma, hence they do not 

give priority to research considering the replacement or repair of this tissue, while this is 

a highly prioritised topic for people with a retinal disorder. Diagnostics to detect the specific 

combination of deafness and blindness are highly prioritised solely by people with 

deafblindness. Other prioritisation differences cannot be explained as straightforwardly.

5.4 DISCUSSION

This research agenda reflects the daily life problems and concerns and wishes for future 

research of people in our target group, and thus provides helpful directions for future 

ophthalmology research. 

Considering the perceived heterogeneity of the consumer population in terms of daily life 

problems associated with the various ophthalmological diseases, which was repeatedly 

expressed during the exploration phase and several project group meetings, the 

homogeneity in prioritisation of the research topics was surprising. On the medical research 

agenda, a large portion of the highly prioritised topic list was identical for respondents of 

different ages, gender, age of onset, and severity of the visual impairment. Most differences 

in prioritisation by ophthalmological disease can be explained readily, given the aetiology 

or symptoms of a particular disease. The socio-psychological research agenda was even 

more homogeneous among groups of respondents. Only stratification by age yielded slight 

differences on this agenda. For example, older people prioritised research into the social 

development, living situation, and preservation of the social network of people who have 

become blind at an older age. Although the differences in the balance of prioritisations 

should be acknowledged, the homogeneity of the remaining topics emphasises the need 

and the possible departures for joint consumer action. Thereby, this research agenda does 

not only offer the ophthalmological research community insight into the wishes and needs 

of their clientele, it also provides a fruitful common ground for cooperation between various 

consumer groups. This outcome is comparable to the investigation of consumers’ priorities 

in medical products and for asthma, COPD, or rare lung diseases (Elberse, Laan, et al., 

2012; Elberse, Pittens, et al., 2012). In both cases, a diverse group of consumers were 
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able to provide useful input for an advisory process, and the research needs they formulated 

also showed much homogeneity. 

In general, research topics can either be mapped directly for the problems or concerns 

experienced by the participants, or they can contribute at a more general level to solving 

the underlying cause of discomfort reported by participants. Topics on the socio-

psychological research agenda generally aimed at finding solutions for specific problems. 

For example, in regard to problems with orientation in public spaces, the Global Positioning 

System (GPS) technology could be improved so that it also indicates environmental 

information such as the location of signposts, trees, and other obstacles in the community. 

Similarly, the desire to improve the coordination, delivery, and reimbursement for medical 

devices, considering a person’s changing needs as vision diminishes, can be readily 

explained in light of the frequently burdensome procedures people spoke about in applying 

for these devices. On the other hand, the medical research agenda yielded topics to 

investigate on a long-term basis, aimed at primary, secondary, and tertiary prevention and 

cure rather than solving people’s current daily life problems. For example, research into 

the inheritability of an ophthalmological disease can be considered highly relevant to prevent 

a consumer’s child or grandchild from inheriting the disease, but it cannot be mapped 

directly to the daily problems experienced by a person currently experiencing the 

impairment. Rather, it relates to a concern the target population has for future generations. 

This dichotomy illustrates the importance of collecting daily life problems as well as 

concerns of the target population and the research questions people have, since the results 

are complementary to one another.

An interesting high-priority topic on the medical research agenda is the wish to allocate 

more research resources to the influence of diet and lifestyle on the progression and 

prevention of ophthalmological diseases. For this topic, the divergence in research needs 

and approaches between consumers and researchers are illustrated. During the reflection 

meeting, consumers expressed the need to have the sense separated from the nonsense 

in this area. Although they want to combat their feelings of helplessness by actively fighting 

their disease, lifestyle advice they receive from various healthcare professionals is often 

vague or even contradictory. Researchers present at the meeting acknowledged the need 

for more research in this area, while indicating the methodological challenges associated 

with large epidemiological studies on food and lifestyle.

The EAN and the MD Association have recently appointed a research coordinator to plan 

the implementation of the research agenda. A challenging task for this coordinator will be 

the alignment of the research agenda with current research practices in the Netherlands 

and abroad, since its topics suggest the need for a broad scope of research and policy-

related strategies. For example, research into the improvement of eye tests and visual 

field examinations to decrease the burden on consumers and to improve reliability can be 

aligned with research goals by optometrists, while research into the replacement or repair 
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of the retina can be a challenge taken on by eye surgeons. For some topics, predominantly 

those listed on the sociopsychological agenda, strategies other than research may be more 

applicable to reach the goals set by the consumer population. For instance, influencing 

policy through lobbying could help strengthen the EAN and MD Association’s stand to 

improve user-friendliness of the payment system in public transport in the Netherlands for 

people with visual impairments. The subsequent components of the Wald et al. (2014) 

PCORI framework of research prioritisation (gap analysis in systematic review, value of 

information analysis, and peer review) can be recommended to guide the implementation 

process of this research.

Strengths and limitations

Due to the perception of heterogeneity of the target population, it was crucial to secure 

the support of the consumer community throughout the course of this research. Several 

inclusion strategies analogous to Elberse et al. (2011) were employed. Focus group 

discussions were organised for homogenous groups of participants in terms of aetiology 

and symptoms of ophthalmological disease, and the survey results were analysed with 

explicit attention to the variables that could skew the results.

The agreement on the problems and concerns from the focus group discussions, expressed 

during the various feedback meetings, suggested that data saturation was achieved. 

Moreover, no new major topics arose during additional interviews with younger people 

and employed visually impaired people who were under-represented in the focus group 

discussions. The survey yielded a generalizable view of the research priorities set by people 

in the target group, with some notable exceptions for some ophthalmological diseases 

explicitly expressed. The large attendance at the various consultation meetings and the 

high response rate to the survey indicate the urgency of a research agenda from the 

perspective of consumers in the field of ophthalmological disorders and visual impairment. 

Two previous studies have identified research themes for visual impairment from a 

consumer perspective (Duckett & Pratt, 2001; Sight Loss and Vision Priority Setting 

Partnership, 2013). The results of this research agenda correspond generally to their 

findings. In the study by Duckett and Pratt (2001), a sample of 37 people from Scotland 

with visual impairments mentioned broad issues related to, among others, access to the 

environment; access to information, attitudes and stigma; the need for collective action to 

raise political awareness and improve allocation of resources; and financial and social 

support needs as themes to be investigated in visual impairment research. The James 

Lind Alliance (Sight Loss and Vision Priority Setting Partnership, 2013) has consulted 

consumers, relatives or carers, representatives of an organisation, and eye health 

professionals to set distinct research agendas for different ophthalmological diseases. This 

study predominantly focused on medical topics, since respondents were asked what 

question or questions about the prevention, diagnosis, and treatment of sight loss and eye 

conditions they would like to see answered through research. Based on ophthalmological 
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disease, all research topics were allocated to a category, and the research agendas were 

analysed separately. Rather than merely extending the research of Duckett and Pratt (2001) 

and the Sight Loss and Vision Priority Setting Partnership (2013) to the Dutch context, we 

have broadened the scope of this research to both socio-psychological and medical research 

topics, and to a higher level of specificity of the research topics. Compared to the study 

by Duckett and Pratt (2001), we included a larger and more diverse population of people 

with visual impairments, ophthalmological disorders, or deafblindness in our study. Also, 

in contrast to the study by the Sight Loss and Vision Priority Setting Partnership (2013), 

we have actively pursued integration of the research themes across different 

ophthalmological diseases, since respondents indicated the need to join forces in 

ophthalmological research and to allow for more multidisciplinary research approaches. In 

addition, our data is refined by an in-depth analysis of the problems and concerns that 

emerged as a result of these discussions regarding visual impairments and ophthalmological 

diseases.

5.5 CONCLUSION

The study presented here has identified the daily life problems and concerns and wishes 

for future research of people with ophthalmological disorders, visual impairments, or 

deafblindness, with the aim of setting a research agenda for ophthalmology research. The 

list of highly prioritised topics is relatively uniform across different consumer groups, 

providing opportunities for joint action. The research agenda includes themes that can be 

taken up by “traditional” ophthalmological research, more broadly defined health care–

related research such as studies concerning implementation, and more policy-related 

strategies. Further, in-depth study of these topics—for example, by following the 

subsequent components of the PCORI-framework—will indicate the most effective route 

for the EAN and the MD Association to achieve a more consumer-centred research program 

on cures and care for affected people in the Netherlands.
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ABSTRACT

Despite increasing interest in patient involvement in research decision-making, little insight 

is available on setting a joint research agenda in a divided patient community. We analysed 

a participatory research agenda-setting process using the Dialogue Model for and with 

people with visual impairments. Employing the analytical framework of boundary work, 

efforts to create, manage or disrupt boundaries between the patient communities during 

the participatory process were distinguished. Boundaries were reinforced by strategies 

acknowledging differences to maintain support amongst patient representatives, such as 

organising disorder-specific focus group discussions and stratifying questionnaire results. 

Management of boundaries concentrated on facilitating opportunities of reconciliation and 

on depoliticising the study. Disruption of the boundaries was attempted in the project 

team’s composition and in organising ‘mixed’ focus group discussions. We conclude that 

the Dialogue Model mainly reduced moderate substantive conflict, but that additional 

affective conflict-reducing strategies are required when a research agenda is set in a divided 

patient community.
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6.1 INTRODUCTION 

The involvement of patients in research agenda-setting is gaining ground on the basis of 

three arguments (Telford et al., 2002). First, patients have acquired experiential knowledge 

through their daily encounter with the disease and its consequences. This is a unique 

source of knowledge, and it can put scientific or biomedical knowledge in a different 

perspective (substantial argument) (Caron-Flinterman, Broerse, & Bunders, 2005; Chalmers, 

1995; Faulkner & Nicholls, 2001). Second, patients have a moral right to be involved in 

research decision-making as they are affected by the outcomes of scientific experimentation 

(Goodare & Smith, 1995; Jenny Popay & Williams, 1996). Third, according to the political 

argument, the chances of successful implementation of innovations is enhanced when 

patients are involved at an early stage of research (Collins & Evans, 2002; Williamson, 

2001).

Various methodologies have been developed to guide the introduction of patient 

perspectives in research agendas. Examples are the James Lind Alliance (JLA) in the United 

Kingdom, which facilitates Priority setting Partnerships (PSPs) and other collaborations in 

which patients, caregivers, and clinicians aim to list research priorities regarding a particular 

disease (James Lind Alliance, 2017). In the USA, the Patient-Centered Outcomes Research 

Institute (PCORI) funds research that has been proposed by patients and other stakeholders 

(PCORI, 2015). Compared to these British and American approaches, the Dutch Dialogue 

Model developed by (Abma & Broerse, 2010) is more oriented towards mapping the context 

of patients’ research wishes by explicating their disease experiences, everyday problems, 

and concerns. An acknowledged merit of the Dialogue Model is its explicit attention to 

differences in discourse and attitude between patients, researchers, and healthcare 

professionals (Abma, 2006a; Abma, Pittens, Visse, Elberse, & Broerse, 2014b; Broerse, 

Zweekhorst, et al., 2010). This recognition of the different perspectives of stakeholders 

encourages a knowledge co-production process (Pittens, 2013). 

Research agenda-setting from the patients’ perspectives has often taken place in contexts 

with well-organised and relatively homogenous patient communities (Broerse, Zweekhorst, 

et al., 2010; Deane et al., 2014; Elwyn et al., 2010; Gadsby et al., 2012). A more 

heterogeneous patient community was involved in a number of research agenda-setting 

studies employing the Dialogue Model (Elberse, Pittens, et al., 2012; Nierse et al., 2013). 

In these cases, however, the heterogeneity in the patient community was not associated 

with explicit dividedness, and the challenges associated with these patient communities 

were not the primary object of study. In addition, how to set up a PSP in a divided patient 

community is not addressed in the JLA Guide book (Cowan & Oliver, 2016). Hence, the 

challenges associated with a research agenda-setting process in a divided patient 

community have received relatively little scholarly attention. Although some scholars have 

explored the link between social identities and patient involvement (Allsop, Jones, & 

Baggott, 2004; Renedo & Marston, 2011), their focus was on the effects of social network 
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formation on the discourse with professionals and less on the existence or management 

of tensions within patient communities. 

This article focuses on the methodology of research agenda setting from the patients’ 

perspectives for patient communities that are considered divided. Members or representatives 

of a divided patient community tend to defend their own interests rather than unite their 

forces. Academic attention to this issue is needed because the dividedness of a patient 

community challenges the development of a widely supported research agenda amongst its 

stakeholders. Subsequently, the implementation success of such a research agenda can 

come under pressure. For example, Pittens et al. (2014) have shown that the translation of 

research agendas into research programs requires good relations between stakeholders. 

We argue that an analysis of a research agenda-setting process for a divided patient 

community is needed. To this end, a research agenda was set for people with people with 

a visual impairment. Research on boundary work, as introduced by Gieryn (1983), is a valuable 

tool for analysing this process as it describes the discursive practices of actors that demarcate 

the boundaries of their field of expertise. The analysis allows us to evaluate the Dialogue 

Model in relation to a divided patient community, in order to guide research agenda-setting 

processes with such patient communities in the future. The objective of this article is to 

evaluate the process of setting a joint research agenda for a divided patient community using 

the Dialogue Model guided by the analytical framework of boundary work. 

6.2 THE DIALOGUE MODEL: AN ESTABLISHED APPROACH TO 
BRIDGE HETEROGENEITY BETWEEN STAKEHOLDERS

The complementary nature of experiential knowledge implies that different stakeholders 

have different demands, ideas, or judgements regarding (biomedical) research (Caron-

Flinterman, Broerse, & Bunders, 2005). In addition, differences in discourse, attitudes, 

power, and status of stakeholders in health research decision-making have been studied 

in depth both empirically and conceptually (Abma, 2006a; Abma et al., 2014b; McKie, 2003; 

Wehrens, 2014). 

The Dialogue Model acknowledges this multi-levelled heterogeneity: it takes the differences 

in perspectives between patients, researchers, and healthcare professionals as a starting 

point for knowledge co-production. The approach is based on the premise that after 

specifying and explicating all stakeholders’ perspectives, integration of the perspectives 

can take place (Pittens, 2013). As described by Abma et al. (2014), ‘the Dialogue Model 

was originally grounded in the notion of partnership and dialogue’ (p. 13). Its six guiding 

principles reflect the following position: (1) the active engagement of patients implies that 

extra attention should be paid to incorporate this stakeholder group in the decision-making 

process; (2) conducing social conditions, such as openness, trust, and respect is needed 

to realise a genuine dialogue between the stakeholders; (3) respect for experiential 
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knowledge means that one should aim at understanding patients’ questions and concerns 

to incorporate them in the decisions; (4) a genuine dialogue provides an opportunity for 

stakeholders to listen to each other and learn about their own and each other’s perspectives 

and experiences, which may lead to an adjustment of participants’ opinions; (5) emergent 

and flexible design allows unexpected issues to be addressed, by adjusting the research 

plan; and (6) process facilitation executed by an independent party, with no stake in the 

outcome, can create the above required conditions for successful participation and dialogue 

(Broerse, Elberse, et al., 2010). 

The Dialogue Model has been employed involving a heterogeneous patient community in 

a number of cases, of which two examples will be elaborated. First, people with various 

neuromuscular diseases (NMD) were involved in setting a joint research agenda (Nierse 

et al., 2013). In this case, ‘intense discussions’ (p. 406) resulted in the inclusion of a limited 

number of diagnoses. This methodological choice was not contested afterwards and the 

research agenda for NMD was supported amongst members of the Dutch Patient 

Association for NMD. Second, in the establishment of a research agenda for medical 

products, the heterogeneity of the involved patient population was considered challenging. 

In this case, input from patient groups of 15 types of diseases was sought, ranging from 

people with burns to anxiety disorders (Elberse, Pittens, et al., 2012). Little overlap between 

the patient groups was encountered on specific medical needs; however, shared research 

themes could be identified. Abma et al. (2014b) describe how ‘balancing between a general 

and specific patient agenda appeared to be difficult’ (p. 10) in various cases employing the 

Dialogue Model. Indeed, Elberse, Pittens, et al. (2012) experienced a dilemma between 

creating a research agenda relevant for many patient communities and specifying data for 

distinct patient communities. 

The choice to employ the Dialogue Model in a divided patient community was justified, 

considering its conceptual emphasis on and empirical experience to deal with heterogeneity. 

However, the responsiveness of the approach to the challenges associated with a divided 

patient community, such as people with a visual impairment in the Netherlands, is unknown. 

6.3 METHODS 

To gain insight into the responsiveness of the Dialogue Model in relation to a divided patient 

community, we conducted a case study. To this end, we studied a research agenda-setting 

process for people with visual impairments employing the analytical framework of boundary 

work. 

Case description 

The research agenda was initiated in 2013 by two organisations acting for people with a 

visual impairment in the Netherlands. An umbrella organisation represents people with any 

ophthalmological disease with approximately 7000 members in 2014 and 16 employed staff 
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members. This organisation initiated the research agenda. The second organisation, not part 
of this umbrella organisation, represents people with one specific type of ophthalmological 
disease and has approximately 4000 members and one paid employee in 2014. 

People with visual impairments can be characterised as a heterogeneous patient population. 
It has been shown that a variety of factors can impact people’s health-related quality of life, 
including the severity of their visual impairment and an anxiety for potential worsening of 
their condition (Williams, Brody, Thomas, Kaplan, & Brown, 1998). Also, a variety of visual 
impairments has been grouped together under low-vision — visual acuity under normal and 
low luminance, contrast and glare sensitivity, stereo-acuity, and visual fields all affect people’s 
self-reported visual disability (Rubin et al., 2001). This heterogeneity within the patient 
population and a fragmented social landscape of patient representation in the Netherlands 
are intertwined, illustrating the dividedness of the patient community. For example, patient 
communities pursuant to a specific ophthalmological disease fund scientific research 
specifically aimed at their own disease. Also, a number of patient communities are organised 
in separate organisations not linked to the umbrella organisation as they feel there is too 
little common ground with those of other ophthalmological conditions. 

Research-setting activities 

See Box 6.1 for an overview of the research agenda-setting activities. In the exploration 
phase, the social landscape was mapped out. In the consultation phase, people’s daily life 
problems and concerns were investigated and translated into research needs. Subsequently, 
the research needs were ranked in the prioritisation phase. Lastly, in the agenda-setting 
phase, the research agenda was discussed with other stakeholders such as ophthalmological 
researchers, healthcare professionals, and research funders. Three independent academic 
researchers (authors of this study), whose primary concern was to safeguard and monitor 
the program fidelity, facilitated the process. A more detailed description of the research 
agenda-setting activities and its outcomes can be found in Chapter 5.

Data collection 

During the research agenda-setting process, all interventions directly contributed to the 
establishment of the research agenda following the Dialogue Model (see Box 1). 
Additionally, data were collected post-hoc to reflect upon the research agenda-setting 
process and its implementation. Data collection for this study consisted of the following 
elements:
• During the exploration phase, six formal semi-structured interviews were conducted 

with representatives of various patient communities, such as people with macular 
degeneration, retinitis pigmentosa, glaucoma, and parents of children with a visual 
impairment. The interviews were aimed at gaining insight into the relationships between 
the patient communities; as such, the dividedness of the patient community was 
discussed explicitly. 

• During the consultation phase, authors AS and CP employed participant observation to 
analyse the agenda-setting process. Observations were related to participants’ attitudes, 
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behaviours and input towards the subject and towards each other. 

• During all the research agenda-setting activities, numerous informal conversations took 

place with participants and members of the project team regarding the process of the 

study.

• Approximately one year after completion of the research agenda, four key informants 

were interviewed (representatives from the two involved patient organisations, a research 

funding agency, and a program council) to gain insight into the interviewees’ views 

regarding the research agenda-setting process. Also, respondents were asked about 

their organisation’s plans to implement the research agenda.

• Post hoc, a document analysis was performed on: (1) summaries and transcripts of the 

interviews, FGDs, feedback meetings, and project team meetings; (2) written and 

electronic correspondence regarding the research agenda-setting process; and (3) 

comments provided by respondents of the questionnaire. The document analysis was 

aimed at analysing the interactions of the involved stakeholders. 

• Throughout the research agenda-setting activities and post-hoc, the facilitators regularly 

discussed their own role and responsibility regarding the management of the research 

agenda-setting process. This form of self-reflection aided in evaluating the effectiveness 

of the employed strategies of the facilitators.

Box 6.1. Activities to set the research agenda for people with a visual impairment (September 
2013-October 2014). 

Phase 1: Exploration (3 months): To gain insight into the patient community, six preparatory interviews were 
held with patient representatives on behalf of different patient communities. Additionally, a project team 
consisting of eight patient representatives and three facilitators (the authors of this article) was established. 

Phase 2: Consultation (3 months): To explicate daily life problems and concerns and to subsequently identify 
research needs of people with a visual impairment, eight focus group discussions (FGDs) were organised 
(n=82). The aim was for homogeneity among the participants in which either ophthalmological disease, target 
group, or severity of the visual impairment was considered. Additionally, semi-structured interviews (n=7) 
were held with members from underrepresented patient groups. Reflection upon the results of each FGD 
took place with two to three patient representatives of the corresponding patient community (feedback 
meetings). In a qualitative analysis, people’s daily life problems and concerns were mapped and research 
needs were categorised as medical or socio-psychological. Research needs were organised in seven medical 
and six socio-psychological themes under which specific research topics were included. 

Phase 3: Priority setting (6 months): Based on the data gathered during the consultation phase, two surveys 
(focusing on medical and on socio-psychological research) were developed to prioritise the research topics. 
Respondents (n=850) were asked to allocate priorities to the most important topics within each theme and 
across the themes. Personal data were queried. A quantitative analysis stratified the survey results according 
to age, gender, ophthalmological disease, severity of visual impairment, and membership of a patient 
association. 

Phase 4: Agenda setting (2 months): To create support for the preliminary results of the research agenda and 
to take the first steps towards implementation, a dialogue meeting was organised which was attended by 
ophthalmological researchers and/or medical doctors in various ophthalmological disciplines (n=7), staff 
members of research funding agencies and/or revalidation institutes (n=9), and patient-representatives (n=19). 
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Data analysis 

After consent, the interviews and FGDs conducted during the consultation phase and the 

post-hoc reflection interviews were audio-taped and transcribed verbatim. All formal 

interviews, FGDs, feedback meetings, and the dialogue meeting were summarised. The 

reports were sent to the participants for member-check. Observations, conversations, and 

discussions within the project team as well as other’s involved, either in person or via email, 

were recorded in the researchers’ logbooks and frequently discussed among the authors 

of the study.

The transcripts and logbook were analysed through a thematic content analysis (Green & 

Thorogood, 2004), applying the analytical framework of boundary work. This theory 

describes the discursive practices by actors within a field to mark the boundaries of that 

field (Gieryn, 1983). Although the theory was originally developed to study scientists 

demarcating science from non-science, the theory has been extended outside the realm 

of science, for example in other (health-related) contexts (Burri, 2008; Hall, 2005) and to 

examine tensions within a community (Albert, Laberge, & Hodges, 2009). Zietsma and 

Lawrence (2010) have extended Gieryn’s (1983) definition of boundary creation. Actions 

aimed at bridging the gap between boundaries are described as the management of cross-

boundary connections. The disruption of boundaries, for example by integration of different 

patient communities, is identified as the third type of boundary work. Following Zietsma 

and Lawrence (2010), we conceptually distinguished observed boundary work into the (1) 

creation, (2) management, and (3) disruption of boundaries. The coding process was done 

in an iterative manner, in which the authors discussed the coding regularly and switched 

from the initial open coding to the thematic coding scheme. All citations in this article were 

translated from Dutch.

Ethical considerations 

Privacy of participants and confidentiality of the data were assured through careful data 

management. As the study did not concern medical research or any form of invasion of 

the participant’s integrity, approval of an accredited Dutch medical research ethics 

committee was not required. Instead, the authors were guided by the ethical framework 

provided by Richards and Schwartz (2002), who have considered potential risks to 

participants in qualitative health research and offered suggestions to minimise these risks. 

Three issues particularly concerned this study. First, the possibility of misrepresentation 

of the socially constructed truth was considered, as the analysis of the data was inevitably 

influenced by the theoretical framework applied and preconceptions of the involved 

researchers. To avoid such misrepresentation of the narrative, the manuscript has been 

presented to the involved stakeholders prior to submission. Also, data triangulation and 

self-reflection of the authors were aimed at contextualising the data correctly. Second, 

avoiding the identification of the participants involved a precarious balancing act between 

ensuring the anonymity of the participants (e.g. by not revealing the involved patient 

organisations) and describing the situation with enough specificity to make sense. Although 
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the participants may recognise themselves in this article, the (inter)actions of the involved 

actors are untraceable to anyone who has not participated in the project team. Thirdly, we 

treated informed consent as an on-going process as this study’s research objective arose 

during the research agenda-setting process and gained clarity post-hoc. In addition to the 

agreements that were made prior to study about the use of data generated in the study, 

participants were informed about the authors’ interests in their perception of the agenda-

setting process and the implementation plans when interviewed post-hoc. Also, participants’ 

consents to publication of the manuscript were especially important in this respect. 

6.4 RESULTS

In this section, we describe the research agenda-setting process with a divided patient 

community following Zietsma and Lawrence (2010), who conceptually divide boundary 

work in actions aimed at (1) creating, (2) managing, and (3) disrupting boundaries. The 

research agenda from the perspective of individuals with a visual impairment can be found 

in Chapter 5 of this thesis. 

Creation of boundaries

The reinforcement of boundaries between the patient communities was prominent 

throughout this study. It pervaded each phase of the research agenda-setting activities and 

was brought up repeatedly in the post-hoc reflection interviews. Whereas individual patients 

consulted in the FGDs and results of surveys were shown generally to be less outspoken, 

the patient representatives often strongly emphasised the difference in daily life problems, 

concerns, and research wishes between people with various ophthalmological diseases 

and varying levels of severity of visual impairments. Such discussions occurred between 

and within representatives of the participating patient organisations. The distrust of patient 

representatives towards each other and mutual claims of being discriminated by other 

patient communities did not seem to diminish throughout the course of the research-setting 

activities. 

In the explorative interviews, for example, an interviewee pointed out that the problems 

experienced by societally blind people (with a residual vision of <5%) are substantially 

different from the problems of completely blind people (with a residual vision of 0%). 

According to the interviewee, people with limited residual vision often do not consider 

themselves as blind, and they have substantially different coping strategies compared to 

those who are completely blind. Yet, by counting societally blind people to the ‘faction of 

the blind’, the entire group of blind people appears to be larger. This enhances their political 

and societal importance. Also, according to this interviewee, society feels more sorry for 

blind people than for people with low-vision. Last, the interviewee believed that blind people 

were more assertive in patient advocacy than people with low-vision. All these factors 

would fallaciously enhance the legitimacy of the ‘lobby of the blind’ at the expense of 

people with low-vision. This example demonstrates how this patient representative 
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emphasised a perceived heterogeneity that strengthened the dividedness between the 

patient communities thereby creating boundaries. It also illustrates how a substantive issue 

fuelled feelings of being disadvantaged; this patient representative did not just consider 

the factual differences and similarities between people with varying severity of visual 

impairment, (s)he interpreted the blind people’s ‘lobby’ as harmful to the interests of people 

with low-vision. 

In response to these sentiments, the project team appointed five out of eight FGDs in the 

consultation phase to a specific ophthalmological disease to increase the mutual recognition 

of the FGD participants’ experiences. For example, people with glaucoma were invited to 

a different FGD than people suffering from retinal disorders. The remaining three FGDs 

were organised for a mixed-patient community. The project team asked a patient 

organisation, which did not take part in the project, to invite their members to an FGD to 

have their members’ issues covered as well. However, the board members of this 

organisation seemed to consider the participating organisations as competitors. While they 

were granted simultaneous access to the (publicly available) end report, they rejected the 

request. 

To enhance the support for the outcomes of the consultation phase, seven feedback 

meetings were additionally organised with patient representatives in which the FGDs were 

discussed. The composition of these feedback groups was a cause for fierce debates; both 

patient organisations wanted to take seat to endorse the results and accused each other 

of partiality or having conflicting interests. Nevertheless, considering the outcomes of the 

FGDs, quite extensive overlap on the issues between the patient communities can be 

revealed: out of 101 everyday life problems and concerns mentioned in the consultation 

phase, 11 problems (10.9%) were specifically relevant for only one patient community. 

The heterogeneity or dividedness between patients was neither an explicit topic of 

discussion brought up by the participants in the FGDs. This dichotomy suggests the 

dividedness amongst patient representatives was, at least, partly caused by feelings of 

distrust. 

In the priority-setting phase, patient representatives and members of the project team 

repeatedly scrutinised the scientific legitimacy of the employed methodology. Especially 

the recruitment strategies of the questionnaire were criticised and the representativeness 

of the respondents was questioned regarding the aetiology and severity of people’s visual 

impairment. The facilitators tried to strengthen the support for the research agenda by 

stratifying the survey results with respect to type of ophthalmological disease, severity of 

the visual impairment, age of onset of the visual impairment, gender, age, and membership 

in a patient association (see Box 6.2 for the stratification results). This analysis revealed 

respondents’ prioritised research themes quite homogeneously. A few differences were 

detected on specific research topics, especially regarding medical topics. Additionally, 

respondents were asked to provide feedback on the questionnaire; 82 out of 850 
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respondents of the questionnaire (9.6%) indicated they had not seen questions regarding 

their specific ophthalmological disease or that the entire questionnaire was insufficiently 

tailored to their medical situation. However, some of the disorder-specific topics brought 

to the attention in these comments were indeed queried in the questionnaire. Presumably, 

in these cases, respondents used the open question as an opportunity to emphasise the 

weight they wanted to give to this particular topic. 

In the post-hoc reflection interviews, almost all interviewees pointed out that the divided 

patient community hinders the joint allocation of research resources. People with a specific 

ophthalmological disease support several Dutch funding agencies; because of this 

fragmentation, they have little financial power to have a substantial impact on their research 

field of interest. Interviewees considered the lack of coordination between the priorities 

of these funds a substantial barrier for the implementation of the research agenda. One 

of the involved patient associations made an attempt to coordinate this endeavour by taking 

the lead in an implementation program. However, a patient representative of a different 

organisation continued to express doubts regarding the possibility and desirability of shared 

action. Despite the relatively homogenous research agenda, this illustrates that the deep-

grained perceived boundaries are not easily disrupted and patient communities are not 

readily integrated.

Box 6.2. Stratification of prioritised research topics based on type of ophthalmological disease, severity 
of the visual impairment, age at onset of the visual impairment, gender, age, and membership in a 
patient association 

Stratification on type of ophthalmological disease: analysis revealed that people with glaucoma favoured 
research that investigated ways to improve duration of action of medication, the relation between eyeball-
pressure and damage to the optic nerve, and means to develop a method to detect normal-pressure glaucoma. 
Respondents with MD sought research that looked into differences in severity of ophthalmological diseases, 
the efficacy of familial screening to detect a disease at an early stage, and at the development of an alternative 
method of application of eye-medication. People with a retinal disorder were particularly interested in the 
risks and preventive measures regarding retinal detachment. People who were diagnosed deaf-blind prioritised 
research into diagnostics to detect this specific combination. People with a corneal disorder and people with 
acquired brain damage did not prefer particular research topics. 

Stratification of age at the onset of the visual impairment: respondents who experienced visual impairment 
at a younger age tended favour research themes regarding revalidation and reintegration schemes and 
employment opportunities. Also, they preferred research regarding genetic factors influencing the onset and 
progression of their ophthalmological disorder. People with a latter age of onset sought research retaining 
social support structures for people who became visually impaired at a later age, and they were interested 
in the influence of an early diagnosis on the progression of the disease. This latter topic was also highly 
prioritised by sighted people who had an increased risk of developing visual impairments.

Stratification on gender, severity of the visual impairment, membership of a patient organisation, and age: 
no significant differences were found regarding stratification of the results on these characteristics. In 
accordance with the aging patient population, a relatively older age group filled out the survey. 

Thesis_Anne_Floor.indb   111 15-10-18   06:37



CHAPTER 6 

112

It’s an ideology: the eye. In its entirety. […] However, corneal disorders are a very specific 

thing. So to tell people with a corneal disorder: you need to be involved with the eye, 

the entire eye, that is forced. It’s the same for people with eye-prosthetics, also a small 

patient organisation. And it counts for us too. People want information about their own 

disorder. […]. We have our doubts about cooperating [...] (Patient representative during 

interview)

Management of boundaries

Several patient representatives, of whom some were part of the project team, considered 

the process of setting a research agenda jointly as an opportunity to manage the boundaries 

between the patient communities. The facilitators employed two main ways to manage 

the boundaries strategically. These means primarily focused on resolving substantive issues 

through responsive co-design and joint reflection on research outcomes, as well as neutral 

facilitation.

First, the facilitators aimed to prevent conflicts between patient groups by facilitating ample 

opportunities of reconciliation, in order to maintain support for the process and outcomes 

of the research agenda. For example, the composition of the advisory board was adjusted 

in the exploration phase; in addition to representatives of ophthalmologists, ophthalmological 

researchers and the two major revalidation institutes in the Netherlands, and the 

optometrists’ association were also invited to the advisory board to accommodate concerns 

of one member of the project team. Similarly, following the FGDs in the consultation phase, 

feedback meetings were organised with patient representatives to verify the results. After 

difficulties to determine the composition of these groups, patient representatives in the 

feedback meetings considered the outcomes of the FGDs recognisable. This contributed 

to the support of this step in the research agenda-setting process. In the priority-setting 

phase, the facilitators answered all questions regarding the recruitment strategies and 

validity of the questionnaire from a substantive perspective: doubts were refuted with 

scientific theory and research findings. This was a time-consuming process, which delayed 

the launch of the questionnaire by weeks; yet, the facilitators considered such discussions 

essential to maintain the support of all members of the project team. 

Second, by presenting themselves as neutral and independent throughout the process, 

the facilitators aimed at depoliticising the study. Although, at times, patient representatives 

attempted to draw the facilitators into the political force field, the facilitators considered 

creating and nurturing trust between all the stakeholders and themselves an important 

aspect of guiding the study. The facilitators made an effort to achieve this by answering 

all questions and combatting all concerns on substantive grounds, instead of drawing on 

their academic authority or addressing patient representatives’ voice tones, which was 

sometimes agitated. The members of the project team were generally open towards the 

facilitators regarding their interests and stakes. Since the financial support for the project 

was issued through the largest patient organisation, at times, this caused distrust amongst 
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the members of the project team. For instance, there were fierce differences of opinion 

concerning the external communication of the study; the patient representatives did not 

agree on what the collaboration had to be called.

Disruption of boundaries

In the challenging socio-cultural landscape in which this study took place, one can consider 

the initiative to set a joint research agenda as a deliberate attempt to disrupt the boundaries 

between the different patient communities. The initiating patient organisation suggested 

establishing a project team in which patient representatives from the smaller patient 

organisation would also have a seat. This could be considered an indication of good faith. 

At the same time, not all members of the project team supported this gesture. 

During the research agenda-setting process, the facilitators encouraged this joining of 

forces, whilst acknowledging the potential difficulties to maintain support amongst all 

involved stakeholders. From this position, three out of eight FGDs in the consultation phase 

had an open character. These included an FGD organised for people with a range of severity 

of low-vision, another intended for blind people resulting from any aetiology, and one that 

consisted of parents of children with any type of visual impairment. Participants for all 

FGDs were recruited via various communication channels of the participating patient 

organisations and were invited to the session they would feel most at home. During the 

mixed FGDs, participants with diverging medical conditions met and shared experiences. 

Generally, they recognised and supported each other’s everyday problems and concerns 

to the same extent as the participants in the more specified FGDs. The research topics 

they contributed to the research agenda were sometimes diverging when concerning 

medically-oriented topics about the aetiology or treatment of their condition. For example, 

in the FGD for blind people, a participant suggested research to repair the optical nerve. 

However, to people who are born blind, this is not directly a beneficial solution as their 

visual cortex is underdeveloped. Research topics of a socio-psychological nature were 

commonly recognisable for all participants. Participants to the mixed FGDs treated other 

attendees with respect, even when they did not share certain experiences. The atmosphere 

during the mixed FGDs was no less pleasant than during the specific FGDs. This indicates 

that patients with different ophthalmological diseases were less concerned with the 

heterogeneity of their conditions than the dividedness of the patient representatives would 

suggest. 

As the fragmented interests among patient representatives were a concern to many 

involved stakeholders, several people attending the dialogue meeting emphasised the 

need for joint action and a shared organisational responsibility to implement the research 

agenda. One participant mentioned the possibility and value of emphasising the public 

interest of some of the socio-technological issues on the agenda, thereby questioning the 

boundaries between people with a visual impairment and the general public. 
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I would greatly appreciate it if we can clarify that these measures are not just helpful for 

people with a visual impairment, but for everybody. It gets accepted more easily and 

you’ll get funding for it. […] It’s the public interest of accessibility for the visually impaired, 

I think that’s good for everyone. (Ophthalmological researcher during dialogue meeting)

The first steps towards such joint action were initiated during the dialogue meeting, as the 

topics on the research agenda were discussed in subsets of participants. These groups 

consisted of ophthalmological researchers, policy-makers, and patient representatives 

deliberately brought together to encourage collaborations. The attendees were positive 

about the value of these sessions, but emphasised that more in-depth analysis of the 

research topics was needed to establish sustainable collaborations. 

One of the involved patient organisations took the initiative to execute this recommendation. 

In a subsequent project, patient representatives with varying ophthalmological disorders, 

experts from the field of ophthalmology and rehabilitation, and other relevant healthcare 

professionals were brought together to investigate the state-of-the-art of scientific research 

regarding the topics on the research agenda and provide routes for implementation of the 

research. Healthcare professionals and ophthalmology researchers welcomed this initiative 

with enthusiasm. Representatives from other relevant patient organisations were invited 

to join this follow-up project, but refrained, as they did not believe the outcomes would 

benefit them sufficiently. 

6.5 DISCUSSION 

The objective of this article was to evaluate the responsiveness of the Dialogue Model in 

setting a joint research agenda for and with a divided patient community from the 

perspective of boundary work. 

Evaluating the research agenda-setting process, we observed that the perceived 

heterogeneity of involved patient representatives regarding the nature of their visual 

impairment and its accompanying disabilities was one of the causes of their dividedness. 

Already at the very start of the research agenda-setting process, some patient 

representatives emphasised the heterogeneity of their condition to fuel the dividedness 

between the patient communities. Turning to literature on organisational conflict, this social 

category diversity can be viewed as a source of affective (interpersonal) conflict (Jehn, 

Northcraft, & Neale, 1999). Rahim (2002) defines such affective conflict as ‘inconsistency 

in interpersonal relationships, which occurs when organisational members become aware 

that their feelings and emotions regarding some of the issues are incompatible’ (p. 210). 

The analysis of patients’ problems and concerns and the prioritisation of their research 

needs in the research agenda-setting process indicated that patient representatives 

overestimated the differences between the patient communities. Also, the boundaries 

arising from this affective conflict did not seem to diminish throughout the study. This 

marks how deeply rooted the divide was, and how some stakeholders seemed to lack the 
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intrinsic motivation to disrupt the boundaries. As such, affective conflict originating from 

a perceived heterogeneity appears to be a root of the boundaries created and reinforced 

during the study. 

We further argue that one of the origins of this dividedness was the perceived difference 

in power between the involved patient organisations; representatives from the smaller 

patient organisation seemed to distrust the intentions of the larger patient organisation. 

Drawing on Pierre Bourdieu’s idea of science as a site of competitive struggle (Albert & 

Kleinman, 2011), Vuolanto (2015) describes how the exertion of power can be an important 

factor in boundary work between and within communities. As Vuolanto (2015) reports, 

novel power dynamics within a community are revealed in times of controversy. Our case 

study similarly revealed power dynamics taking place during the agenda-setting process. 

The patient organisations had, apart from differences regarding substantial matters (i.e., 

which patient community they aimed to represent), reason to compete with each other 

on the basis of power (e.g., over the size of the patient community they represented and 

the funds they acquired). 

Strategies employed in this research agenda-setting process 

This study manifested that the research agenda-setting process was, at times, the arena 

of the reinforcement of existing boundaries between the patient communities. The 

complicated socio-cultural landscape was discussed prior to the commencement of the 

research agenda-setting activities. The facilitators employed several strategies to guide 

the process based on this knowledge. On the one hand, deliberate strategies were applied 

to acknowledge and cooperate with existing boundaries to a certain extent, with the explicit 

goal to maintain broad support for the research agenda amongst the involved stakeholders. 

Following the theory of Rahim (2002) on organisational conflict, this can be regarded as an 

effective conflict management strategy as the interventions were aimed to manage intra-

group substantive conflict. According to the definition provided by Rahim (2002), 

‘substantive conflict occurs when two or more organisational members disagree on their 

task or content issues. […] A moderate level of substantive conflict is beneficial as it 

stimulates discussion and debate, which help groups to attain higher level of performance’ 

(p. 210).

On the other hand, in the shared pursuing of the research agenda, the disruption of existing 

boundaries was one of the aims of the study. Although this goal was endorsed by all 

stakeholders at the start of the process, deducing from the retrospective interviews we 

can conclude that this endeavour was only partly successful. The follow-up implementation 

project based on the research agenda illustrates a dichotomy. While this implementation 

project was enthusiastically endorsed by professional ophthalmological healthcare and 

research organisations, one patient organisation initiated and executed this project without 

other relevant organisations joining. This illustrates that the dividedness between the 

patient communities was rooted too deeply. In concurrence with Rahim (2002), adverse 
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affective conflict continued to exist, and we can conclude that there was too little support 

for a continued collaboration. 

An underlying presumption of the dialogue model: conflicts can be resolved by 
reflection on content matters

This evaluation reveals that the Dialogue Model is based on an underlying and implicit 

presumption: that the clarification of, and reflection on differences and similarities is 

sufficient to result in better understanding and more collaboration between divided 

communities. By explicating and discussing the overlap and differences in research needs 

between the patient communities in both the qualitative and quantitative data, it was 

assumed affective conflicts could be solved. With the point of departure of the Dialogue 

Model not being rivalry, as is evident from its guiding principles (Broerse, Elberse, et al., 

2010), this study reveals that the employed strategies insufficiently address the adverse 

effects of affective conflict, resulting from social category diversity, on group loyalty and 

group performance (Amason, 1996; Jehn et al., 1999). 

Recommendations to set a research agenda more effectively in a divided patient 
community 

Our analysis has explicated a condition of the Dialogue Model, which has thus far remained 

implicit: that stakeholders are willing and able to bridge the boundaries within a patient 

community by understanding and reflecting on similarities and differences in perspectives. 

This statement allows us to ask the following two questions:

(1) Is this condition is absolute?

(2) What additional strategies could have been used to involve a divided patient community 

more effectively in setting a shared research agenda?

Regarding the first question, this case study raises questions regarding the feasibility of a 

joint research agenda in a divided patient community. As Pittens et al. (2014) emphasise 

the need for good relations between stakeholders for the successful implementation of 

research agendas, this case study illustrates the importance of this criterion to set a joint 

research agenda in the first place. Mapping out the social landscape in which the research 

agenda will operate, one of the aims of the exploration phase of the Dialogue Model (Abma 

& Broerse, 2010) gains weight in this respect. 

However, this condition does not imperatively imply that dividedness between patient 

communities is incommensurable. In the case of a challenging social landscape, there is 

a need to enrich the cognitive-oriented Dialogue Model with approaches enhancing the 

reflexivity of the involved stakeholders with affective conflicts. Participants need to show 

commitment to listen to each other and adjust their presumptions accordingly, regarding 

both substantive and affective conflicts. Strategies encouraging such reflexivity in multi-

stakeholder situations have been described in the research methodology Reflexive 

Monitoring in Action (RMA) (van Mierlo et al., 2010). In an RMA process, an independent 
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facilitator helps stakeholders to shape the change process themselves, adapt to the new 

reality by monitoring the situation, and initiate and support interventions when needed. As 

such, stakeholders become aware of the (substantial and affective) challenges that are 

influencing the change process and how to overcome them. 

In addition to strategies enhancing stakeholders’ reflexivity on the affective conflict, 

development of a shared vision and commitment is needed to overcome boundaries 

between patient communities. In this regard, Hall’s (2005) account on interprofessional 

teamwork within healthcare settings is insightful as it describes the strain between 

healthcare professionals as boundary work and provides avenues for more successful 

collaborative practice. Hall (2005) emphasises that:

a clear and recognizable idea or goal must serve as the focus for team members in order 

for teamwork to succeed. [Such] ‘idea dominance’ allows each member to shift from 

his/her specific professional focus to one requiring understanding of another’s 

observations and interpretations. (p. 194) 

As we have seen, in our case study it was attempted to accomplish a shared vision 

(namely, a shared research agenda) using predominantly strategies aimed at resolving 

substantial conflict. However, to achieve ‘idea dominance’ more successfully, McCallin 

(2001) claims that aside from cognitive strategies, strengthening personal connections 

is essential, for example, by organising multi-day residential team-building workshops. 

Also, insights into mediation may be insightful in this regard. However, it is beyond the 

scope of this article to go into full depth in the extensive literature regarding this topic 

(Lewicki, Weiss, & Lewin, 2016). 

Methodological considerations

This study aimed at reflexively and retrospectively evaluating the process to set a joint 

research agenda for a divided patient community using a boundary work perspective. We 

triangulated our data using interviews, participant observation, document analysis, and 

self-reflection. This allowed the authors to examine the process and outcome of this case 

study in depth, yielding insights in the sometimes unforeseen effects of the employed 

strategies. Triangulation was particularly important to reduce researchers’ biases in this 

case study, as the research agenda-setting process was regularly accompanied by 

passionate discussions via email or telephone, which required some professional distance 

to evaluate the process. 

Analysing the data from a boundary work perspective proved useful, as it conceptually 

clarified the causes and consequences of stakeholders’ actions during the research agenda-

setting activities and enriched our understanding of the presumptions or conditions 

underlying the Dialogue Model. This clarification subsequently provided several avenues 

to explore regarding professional conflict management. 
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As this research is to be considered a case study, separating context-bound contingencies 

from more structural factors affecting divided patient communities is challenging. To the 

best of our knowledge, similar analyses in patient involvement have not been described 

in the literature, making comparisons difficult. Additionally, due to its retrospective nature, 

this analysis could not inform the employed strategies during the research agenda-setting 

activities. Although the authors discussed the progress of the study and its accompanying 

challenges regularly, decisions were based on the available knowledge and expertise 

regarding the Dialogue Model. The potential efficacy of strategies enhancing reflexivity 

and reducing affective conflict has therefore not been tested. 

6.6 CONCLUSION 

We conclude that the Dialogue Model has been recurrently validated to set research 

agendas from the patients’ perspectives. However, our case study shows it provided 

insufficiently effective directions to guide this process in a divided patient community. The 

authors balanced between acknowledging and reinforcing existing boundaries to maintain 

support for the research agenda-setting process and managing or disrupting them to 

produce a joint end product. It can be concluded retrospectively that managing moderate 

substantive conflict through understanding of, and reflection on content matters was the 

prime focus of the authors. The research agenda is endorsed by some of the participating 

patient organisations and the implementation project explicitly addresses the joining of 

forces in the ophthalmological research field. The research agenda contributed to the 

dialogue of the patient organisations with societal stakeholders. However, to involve a 

divided patient community more effectively in research agenda-setting, we argue that 

management and disruption of boundaries is necessary by actively enhancing stakeholders’ 

reflexivity regarding affective conflict, acknowledging the importance of strengthening 

personal connections, and containing the adverse effects of affective conflict. 
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ABSTRACT 

Although academic interest for patient involvement in health research decision-making is 

growing, in practice it proves challenging to involve patients meaningfully and sustainably. 

This paper aims to unravel systemic factors influencing the embedding of meaningful 

patient involvement in proposal appraisal at a private cancer research funding organisation. 

In this case study, we applied the emergent and participatory research approach Reflexive 

Monitoring in Action. At first, a positive stance of stakeholders towards patient involvement 

was accompanied by a lack of tools and structures. This lack of tools led to the execution 

of various interventions. Our analysis reveals that structural interventions succeeded in the 

bureaucratic context. The required cultural shift was also addressed, but took longer to 

materialise. This may have reduced the meaningful involvement of patients in proposal 

appraisal in practice. To overcome the underlying systemic barriers, an approach is needed 

that encourages stakeholders’ reflexivity on the structure, culture, and practice configuration 

needed to sustain meaningful patient involvement.
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7.1 PATIENT INVOLVEMENT IN RESEARCH PROPOSAL APPRAISAL

The responsiveness of Western health research systems has been increasingly scrutinised 

in recent years: real-life problems in health practices and the patients’ needs are 

insufficiently addressed by newly developed innovations or knowledge, and the system is 

criticised for being supply-driven rather than demand-based (Chalmers, 1995; Elberse et 

al., 2017; Tallon et al., 2000). Research tends to be ‘directed towards function enhancement 

rather than function recovery or prevention, it is disease-oriented rather than focused on 

integral approaches, and it is intervention-oriented rather than supporting individual 

responsibility or addressing implementation problems’ (p.182) (Broerse, Elberse, et al., 

2010). The limited set of stakeholders currently dominating decision-making in each step 

of the research process, comprising researchers, policy makers, and medical specialists 

can be associated with the supply-driven nature of health research systems (Broerse, 

Elberse, et al., 2010). 

In this article, we focus on the stakeholders involved in decision-making during proposal 

appraisal. Authors have argued that including (ex)patients in the process of reviewing grant 

proposals can increase the societal relevance of the research performed by using the 

complementary nature of experiential knowledge (Caron-Flinterman, Broerse, & Bunders, 

2005; Entwistle et al., 1998; Jenny Popay & Williams, 1996). Furthermore, the call for more 

patient involvement coincides with an increased societal demand for public accountability 

of research and better translation of research outcomes to improvements in care practice 

(Abma & Broerse, 2010; Entwistle et al., 1998; Gibbons, 1999; Nowotny et al., 2001; 

Whitstock, 2003). Some health funds have initiated patient involvement in their proposal 

appraisal procedures (Andejeski, Breslau, et al., 2002; Elberse et al., 2017; Fleurence et 

al., 2014; Hartstichting, n.d.; O’Donnell & Entwistle, 2004b; Teunissen, Visse, Laan, et al., 

2013; ZonMW, 2017). Notable pioneers in this field in the UK are the Alzheimer’s Society 

which has set up a Research Network with patient reviewers, and the National Institute 

of Health Research which includes lay reviewers on many of its funding panels (Alzheimers 

Society, n.d.; NIHR, n.d.). However, with the exception of relatively recent academic interest 

into this topic, little is known about the impact and embedding of such reviewing 

involvement in health research decision-making (Elberse et al., 2017; O’Donnell & Entwistle, 

2004a; Staley & Doherty, 2016).

Scholars have investigated the range of issues which may be considered by patient 

reviewers in proposal appraisal (Saunders, Girgis, Butow, Crossing, & Penman, 2007; 

Teunissen, Visse, de Boer, & Abma, 2013). These studies have demonstrated that patient 

reviewers can examine the information provided to participants on aspects such as 

comprehensibility and probity. Also, patients’ experiential knowledge allows them to identify 

with prospective clinical subjects by ‘walking in their shoes,’ hence verifying the feasibility 

of including patients with certain health conditions and the burden of the proposed research 

(Maguire & Britten, 2017). This demonstrates the value of including patients in the process 
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of knowledge co-production, in which knowledge is developed between science and society 

(Regeer & Bunders, 2009). Here, patients’ experiential knowledge is articulated and 

integrated with researchers and healthcare professionals’ expertise (Pittens, 2013). 

7.2 MEANINGFUL AND SUSTAINABLE PATIENT INVOLVEMENT

Despite its argued and demonstrated benefits in academic literature, in practice patient 

involvement in reviewing grant proposals is currently often tokenistic and largely confined 

to isolated initiatives. The observation that patients can potentially contribute meaningfully 

to knowledge co-production does not imply that this involvement is by definition meaningful 

in every initiative (Rowe & Frewer, 2000). For example, while the Innovative Medicine 

Initiative claimed that the majority of their first EU-funded projects involved patients in 

research, the patients were actually used as subjects to be studied rather than having an 

influence on the research itself (Supple et al., 2015). Similarly, Li et al. (2015) describe a 

tension between the genuine desire to involve the public in health policy decision-making 

and more strategic and political reasons to support patient involvement. De Wit et al. (2015) 

demonstrate that the explicit acknowledgement of patients as a valuable source of 

knowledge is essential to avoid tokenism. Following Li et al. (2015), we define meaningful 

patient involvement in the reviewing process as:

A contribution which is based on the patients’ experiential knowledge and which is 

taken into serious consideration during deliberations and may affect the funding 

decision. 

In addition to the danger of tokenism, the organisational embedding of the patient 

perspective proves challenging. Although successful initiatives are being replicated on the 

individual level, Elberse et al., (2017) argue that patient involvement is not yet ‘anchored 

in the system,’ (p.168) and Boaz et al., (2016) provide evidence that health researchers 

maintain ‘Mode 1 academic attitudes and values, despite the changing currents on the 

surface’ (p.600). This implies that the health research system is currently not configured 

to meaningfully incorporate the patients’ perspective in proposal appraisal processes, and 

that systemic barriers are encountered. A system innovation is therefore needed to 

overcome these barriers (Broerse & Grin, 2017; Grin et al., 2010; Schuitmaker, 2012). To 

include patients in decision-making procedures, involved scientists, policy staff of funding 

organisations, and patients themselves need to change their perceptions and values 

regarding proposal appraisal (culture), the organisational rules, regulations, and procedures 

facilitating the proposal appraisal process (structure), and the actors’ means for performing 

the proposal appraisal (practice) (van Raak, 2010). Moreover, the actors functioning within 

a dominant regime tend to reproduce the existing system, thereby counteracting innovations 

to the system (Schuitmaker, 2012). These Lamarckian notions aid in explaining a regime’s 

resistance to change (Grin et al., 2010) and why such changes are typically gradual and 

continuous processes (Rotmans, Kamp, & van Asselt, 2001). 
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First, the system’s criteria for good research, i.e. worthy of funding, need to be reconsidered 

(Andejeski, Breslau, et al., 2002; Fleurence et al., 2014). In addition to scientists focusing 

on the scientific relevance, innovativeness, and methodological quality of research 

proposals, and the patients’ judgments of the proposal’s clinical relevance and feasibility 

needs to be incorporated in the final assessment of the grant proposal. This means that 

the assessment whether the proposed research addresses a problem deemed relevant 

by patients, and whether the expected benefits of the solution for patients outweigh the 

burden of the research for participants, gains importance.

Secondly, the existing structure of the grant proposal reviewing process comprises a set 

of routines with a clear balance of power, which structure daily activities, communication, 

and decision-making amongst all those involved (Frenk, 1992). Incorporating the patients’ 

perspectives in this system tends to destabilise the system, as it requires adjustments to 

established procedures and routines to accommodate the patients’ reviewing process 

needs. Thirdly, involving patients in the decision-making process demands the establishment 

of long-term relationships between different stakeholders, extending people’s competences 

and requiring the availability of time, money and resources (Gray et al., 2000; Howe et al., 

2006; Lindenmeyer, Hearnshaw, Sturt, Ormerod, & Aitchison, 2007). For example, when 

patient reviewers are invited to join the decision-advising committee, scientific experts 

have to adjust their discourse to allow non-scientific experts to join their conversation 

(Elberse et al., 2011). 

The discrepancy between the promised benefits of patient involvement in proposal appraisal 

and the current lack of its structural embedding in the health research system calls for an 

analysis of this situation from a system’s perspective. An analysis of the systemic factors 

facilitating or impeding meaningful patient involvement in health research proposal appraisal 

may offer recommendations on how to enhance the meaningful and sustainable 

involvement of patients in this practice. 

7.3 CASE STUDY 

We conducted a case study on the involvement of patients reviewing grant proposals at 

the Dutch Cancer Society (DCS), the largest privately funded health foundation of the 

Netherlands. With an annual budget of approximately 120m funding approximately half of 

all project-based oncology research conducted in the Netherlands, DCS is a key player in 

the Dutch oncological health research system (Hanselaar & Boerrigter, 2011; KWF 

Kankerbestrijding, 2015). The organisation’s goals are: more cures, less prevalence, and a 

better life quality for people with cancer. DCS aims to achieve these goals by increasing 

the impact of its funded research on the patients’ prospects and quality of life, and by 

increasing the role of patients in its operating procedures (Beleidsvisie KWF 

Kankerbestrijding, 2015). In 2011, DCS installed a Patient Advisory Committee (PAC). This 

committee originally consisted of approximately 25 (ex)cancer patients who reviewed 

Thesis_Anne_Floor.indb   127 15-10-18   06:37



CHAPTER 7 

128

clinical study proposals submitted to DCS, using criteria they deemed relevant. Between 

2015 and 2017, DCS reorganised its overall process of proposal appraisal in its Program 

Research and Implementation (PR&I). As part of this reform, patient involvement in proposal 

appraisal was anchored by formally installing patient reviewers in the Scientific Council 

(SC) of the organisation in 2016. 

This study commenced in 2014 when DCS invited an external research organisation to 

evaluate the PAC’s activities and to analyse the factors impeding and facilitating the 

embedding of the PAC at DCS. The study covered a critical phase of the changes taking 

place at DCS, in which patient involvement in proposal appraisal gained momentum but 

was not yet consolidated. 

Taking the goals of DCS regarding patient involvement into account, we formulated the 

following research question: How can the embedding of meaningful patient involvement 

in proposal appraisal at DCS be enhanced, considering the facilitating and impeding 

systemic factors influencing such a development? 

7.4 METHODOLOGY 

The study adopted the emergent, action-oriented, and participatory research approach 

Reflexive Monitoring in Action (RMA) (van Mierlo et al., 2010). In a system innovation, 

stakeholders jointly need to change the structure, culture, and practice through recurrent 

reflection on these domains. RMA stimulates this reflection; it aids actors in the process 

of shaping and adapting to the new reality. An independent observer monitors and evaluates 

the innovation, initiating and supporting interventions when needed. 

The interventions, as part of an RMA approach, can be characterised by the action-learning 

spiral, emphasising reflexivity by: (1) identifying a challenge, (2) developing an action plan, 

(3) performing the intervention, (4) observing and evaluating the intervention, (5) adjusting 

the action plan with regard to the new insights, and (6) performing the adjusted intervention 

(Stringer, 1996). This method aids in identifying facilitating factors and areas for 

improvement. The insights can be readily translated into recommendations, allowing 

stakeholders to apply them directly. RMA thus integrates reflexivity in the process of 

change (van Mierlo et al., 2010).

Three-phased reflection and action study

Data were collected between July 2014 and December 2016 in three largely consecutive 

phases; see Figure 7.1 for a chronological overview. 

A project team consisted of three policy staff members of DCS, all specifically dedicated 

to enhancing patient involvement at DCS, and three independent academic researchers 

(of which one was replaced halfway through the study). One of the academic researchers 
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performed most of the monitoring activities; she is henceforth called ‘the monitor’ (author 
AS). She was working at the DCS office on average two days a week, giving the study an 
ethnographic character. The other two academic researchers assisted in the design, data 
collection and analysis of and reflection on the data collected. The project team regularly 
jointly evaluated the progress and findings of the study.

Phase 1: Insights in early patient involvement experiences (2011-2015)
To initiate the action-learning spiral, the initial culture, structure and practice prevalent at 
the organisation was analysed:
a. Fifteen semi-structured interviews were conducted by the monitor in July 2014 with 

patient reviewers (n=7), policy staff at DCS (n=5) and researchers in the SC (n=3). 
Interviewees discussed experiences in or with the PAC and their expectations regarding 
the PAC. Two members of the executive board of DCS were interviewed to provide 
insight into DCS’ management position on patient involvement. 

b. In 2014, patient reviewers assessed grant proposals in six research-funding programs. 
In 2015, PAC’s involvement continued in three programs. The monitor attended seven 
assessment meetings through participant observation and evaluative interviews with 
patient reviewers (n=4), DCS staff (n=3) and SC-chairs (n=1). The interviews lasted about 
30 minutes. 

Phase 2: Interventions in patient involvement (2015)
Based on the insights gained in the first phase of this study, we aimed at supporting 
sustainable change in the culture, structure and practice at DCS. Therefore, we devised 
an intervention plan containing four elements: 
a. The process of patient involvement in proposal appraisal was standardised according to 

a process scheme. In four workshops facilitated by the monitor and an additional 
researcher, one or two issues in the process scheme were discussed. Three to five 
patient reviewers attended each workshop, and nine participants attended between one 
and all four workshops. 

b. The recruitment process for new PAC-members was co-designed with patient reviewers 
and in collaboration with all staff members of the project team and the monitor. A 
recruitment profile was published, candidates attended an introductory meeting, and new 
patient reviewers followed a training session. A staff member of the project team and the 
monitor jointly evaluated the recruitment process with all new members (n=16) by phone. 

c. In a workshop (organised by a staff member of the project team and facilitated by the 
monitor and another researcher), DCS research coordinators discussed their own role, 
(required) competences to involve patient reviewers in proposal appraisal as part of the 
PR&I reform. 

d. All PAC involved grant applications tendered in 2015 were analysed by the monitor. 
Assessments by PAC and the SC were classified as positive, mediocre, negative or no 
assessment/revision. The funding advice to DCS was either positive or negative. The 
initial scoring given by the PAC and the SC and the final advice to DCS were compared 
to each other.
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Phase 3: Analysis of patient involvement process (2016)

As part of the action-learning spiral, the interventions were continuously evaluated in 

numerous informal meetings and discussions. Additionally, two formal evaluations were 

performed: 

a. Semi-structured interviews with patient reviewers (n=4) and DCS-staff members (n=5) 

were conducted by the monitor in November-December 2016. Interviewees reflected 

on the past 2.5 years regarding patient involvement in proposal appraisal at DCS. 

b. The monitor attended an evaluative meeting in June and in December 2016 with patient 

reviewers who had represented the PAC at SC-meetings. During the meetings, patient 

reviewers evaluated their experiences with the SC so far and discussed the future plans 

of the PAC. 

Data analysis 
The monitor recorded all formal interviews after verbal consent, transcribed the interviews 

verbatim and summarised them. Minutes were made of all formal meetings and workshops 

which were facilitated by the monitor and/or an additional researcher. The summaries of 

the interviews and minutes of the meetings were sent to the participants for member-check 

within two weeks after the event. At all other meetings where the monitor was present 

and during all informal (phone) interviews conducted by the monitor and/or other academic 

researchers, observations were recorded in a logbook. Also, the monitor took field notes 

at the office of DCS.

The action-oriented and emergent nature of the research design called for an iterative data 

analysis. Preliminary findings were regularly discussed with the entire project team to guide 

further interventions. In-depth analysis was based on, thematic coding (Green & Thorogood, 

2004), performed by the first and second author on the logbook, transcripts and summaries 

to identify systemic barriers and facilitators on culture, structure and practice regarding 

meaningful and sustainable patient involvement. The themes were identified following the 

definition of culture (set of values, perceptions and interpretative frames shared by most 

of the involved actors), structure (physical, legal, organizational, power, economic and 

financial structures facilitating and/or constraining the behaviour of the involved actors) and 

practice (actual actions (operations) undertaken by the involved actors) as described by van 

Raak (2010). 

Next, open coding was performed by the first and second author to uncover patterns within 

the themes. The academic researchers regularly discussed the coding process. During 

these discussions, three overarching issues were identified in which the planned and 

performed interventions could be classified; 

• Structural adjustments to the PAC-assessment criteria

• Formalization of PAC’s position 

• Exploitation of patient reviewers’ experiential knowledge
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The monitor performed the document analysis of the grant applications which was added 

to this qualitative dataset. The analysis was subsequently reviewed with the staff members 

of the project team, to discuss the interpretation of the data. Differences in interpretation 

were extensively discussed until agreement was achieved.

Ethical considerations
The ethical aspects of this research were considered an ongoing process of deliberation 

and reflection. All participants voluntarily, anonymously, and confidentially took part in the 

research activities; due to the emergent nature of the research design, we regularly re-

evaluated their verbal informed consent. Also, by means of member checks we continuously 

scrutinised our own interpretation of the data, reviewing our potential preconceptions.

We adhered to the nationally established code of ethics for research in the social and 

behavioural sciences involving human participants, as interpreted and explicated by the 

involved research institution (Scientific and Ethical Review Board, 2016). The involvement 

of patient reviewers did not concern medical treatment or invasion of their integrity, 

hence approval of an accredited Dutch medical research ethics committee was not 

needed. 

7.5 RESULTS

In this section, the initial culture, structure and practice at DCS is described based on the 

data collected in phase one of the study. Subsequently, the performed interventions and 

stakeholders’ perspectives on the impact of the interventions are described based on the 

data collected in the second and third phase of this study. 

Contextual and retrospective insights in early patient involvement experiences 
(2011-2015)
Phase one of this study elicited the initial culture, structure and practice at DCS through 

analysing the positions and viewpoints of the main stakeholders involved and the 

organisational context of DCS. DCS staff members characterise their organisation with a 

propensity to formulate regulations, procedures, and protocols. The relatively large amount 

of resources available enhances the organisation’s societal visibility and increases the need 

for transparency and public accountability of its resource allocation. This fuels the need to 

legitimise the organisation’s expenditure through standardised proposal appraisal 

procedures. The policies needed to involve patients are designed and implemented by the 

Team Patient Involvement (team PI) at DCS. The monitor was considered an external 

member of this team for the duration of the study. Supervision of team PI repeatedly shifted 

from an executive board member of DCS to lower ranks of team leaders. This is indicative 

of the broad scope of the team but also of its ‘outsider’ position in the organisation. 

Emblematic was the team’s self-imposed characterisation as gadfly of DCS – team PI 

members repeatedly reminded their colleagues of the value to involve patients meaningfully 
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in proposal appraisal. Team PI members felt the need for a cultural shift within the 

organisation, as the rest of the DCS-staff was less aware of this issue. 

Patient reviewers on their own behalf take a seat in the PAC and all share the experience 

of having been diagnosed with cancer. The group is relatively demographically diverse in 

age, gender, and the type, severity, and treatment of their tumours; however, higher-

educated patients with Dutch ethnicity are overrepresented. DCS supported research 

includes all cancer types with divergent survival rates and treatment options and includes 

fundamental science to psycho-social support. This multi-levelled diversity complicates the 

comparisons and trade-offs made in assessing grant proposals. Hence, some interviewed 

patient reviewers, DCS staff and SC members raise questions about the legitimacy of 

patient reviewers: are patients eligible to assess research proposals on cancer types they 

have not been confronted with? Or contrarily, do they favour proposals investigating their 

type of cancer? To what extent can they assess the value of preventive research, as they 

are already confronted with cancer? Some patient reviewers are especially knowledgeable 

about the type of cancer they have had themselves; they alert researchers to new 

collaborations within the field, or they question the scientific innovativeness of a research 

proposal. While some patient reviewers consider it their duty to have considerable state-

of-the-art knowledge on oncological research, for example, by staying up-to-date in scientific 

literature, others disagree. 

Patient reviewer 1: We need more people [patient reviewers] with technological 

expertise. For example, the diagnostic tools. The technological developments are going 

so fast and we know too little about it. As a patient reviewer you need to keep abreast 

of such developments. 

Patient reviewer 2: But shouldn’t I just know what it feels like to be lying in such a 

scanner? Instead of knowing how it works?

(Patient reviewers during evaluative meeting of PAC-representatives) 

In addition to the experiential knowledge, patients also possess knowledge from (former) 

occupational experience. Patient reviewers do not always consciously separate this when 

assessing research proposals; they sometimes evaluate the feasibility or quality of a 

research proposal based on their professional knowledge. For example, when members 

of the SC expressed their doubts on scientific grounds, a patient reviewer defended a 

proposal on immunotherapy. In the evaluation, the patient reviewer acknowledged that 

her professional background as immunologist contributed to her defence.

Leading scientists in the Dutch oncological research field are gathered in the SC to provide 

DCS advice regarding the funding of grant proposals. Researchers take seat for a period 

of three years, which can be extended once. The SC is divided in sub-committees that 

peer-review grant proposals on topics close to the members’ research fields. Each 

committee is chaired by a prominent researcher and supported by a research coordinator 
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of DCS. The interviewed SC-chairs cherish the contribution of the patient reviewers, but 

some struggle how to take the PAC-assessment into consideration in the funding advice, 

as they do not want their scientific assessment to be influenced by the assessment of the 

patient reviewers. 

Interventions in patient involvement in proposal appraisal (2015-2016)

To enhance the sustainable embedding of meaningful patient involvement in proposal 

appraisal, several interventions were designed and performed based on the first phase of 

this study that elicited the initial culture, structure and practice at DCS. The stakeholders 

indicated the need for adjustments during interviews or assessment meetings, or the 

monitor initiated activities. Improvement of patient involvement performance (practice) 

was often addressed by attending to the structural domain. While interventions aimed at 

addressing underlying cultural differences between the stakeholders, the effects of these 

efforts were less promptly visible. Three issues illustrate this claim: (1) structural adjustment 

to improve interpretation and weighting of PAC-assessment criteria, (2) formalisation of 

PAC’s position and its influence on funding advice, and (3) utilisation of patient reviewers’ 

experiential knowledge. Each issue is described below. 

Structural adjustments to improve interpretation and weighting the PAC-assessment criteria

In the first phase of this study, patient reviewers and DCS-staff frequently mentioned 

the lack of and need for consensus regarding the interpretation and weighting of PAC-

assessment criteria. The PAC was asked to assess: (1) the quality and readability of the 

Dutch summary, (2) societal relevance of the research, (3) burden and risks to participants 

compared to the expected health benefits, (4) involvement of patients, and (5) the quality 

and readability of the patient information for prospective clinical participants. The scoring 

sheet did not weigh the importance of each criterion or explicate its interpretation. The 

consequential variation and discussion amongst patient reviewers was observed in the 

assessment meetings. For example, ‘relevance’ was interpreted differently. People 

debated whether research that promises small progress is ‘messing in the margins’ or 

whether it can be a stepping stone for substantial health gains in the long run. Neither 

was there consensus whether the size of a patient group should be considered in 

assessing relevance. 

Patient reviewer 1: It’s about only 300 patients. Should that be an argument? I feel we 

should impede this. It’s about the individual patient.

Patient reviewer 2: I disagree. Looking at the matter from a business perspective, I’ll 

go for a treatment with which you can save thousands of patients.

(Patient reviewers during PAC-assessment meeting)

Regarding the weighting of the criteria, some assessors prioritised the proposal’s relevance. 

Another patient reviewer took serious account of the burden and hardly considered other 

aspects. 
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If the research uses existing biomaterial, the burden for the patient is zero. Then I say, 
it’s a perfect study. And I hardly consider the rest. (Patient reviewer during PAC-
assessment meeting)

During the PAC-assessment meetings, patient reviewers always attempted to reach 
consensus regarding their assessment of the proposal or -in exceptional cases of 
disagreement- to clearly denote the different lines of argumentation within the PAC during 
the SC meeting.

To discuss the issue of interpretation of assessment criteria in more depth and generalised 
beyond specific proposals, the project team organised a workshop at which four patient 
reviewers were present. The assessment form for the PAC was adjusted based on this 
workshop and in dialogue with DCS-staff; guiding questions were added to help explicate 
the criteria. The form separated the readability and quality of the Dutch summary from the 
main assessment categories. The feasibility, quality, relevance, and the involvement of 
patients in the proposal were taken into account in coming to a final assessment. Additionally, 
all proposals were discussed at a PAC-assessment meeting facilitated by team PI (see issue 
2). During those meetings, sometimes observations beyond the scope of the assessment 
form were discussed; for example, the dissemination of the prospective results or the 
interests of the pharmaceutical industry compared to DCS’ mission goals in the proposals.

In the evaluation phase, most patient reviewers and DCS-staff agreed that the adjusted 
assessment forms and the facilitated PAC-assessment meeting resulted in more consistent, 
better structured, and more thoroughly substantiated arguments. Also, interviewees 
claimed there are fewer opportunities for patient reviewers to incorporate their favourite 
topics in the assessments. 

Formalisation of PAC’s position and its influence on funding advice
Based on the analysis in phase 1, we detected a need to consolidate the position of the 
PAC in the organisation. This was achieved by mainly interventions on the structural domain. 

At the start of this study, the position of the PAC within DCS was not formalised and its 
activities were conducted in an exploratory manner. Patient reviewers and DCS-staff viewed 
the PAC as fertile testing-ground for patient involvement and praised its zeal and pioneering 
attitude. However, the embedding of the PAC in the assessment structure was limited, 
restricting its efficacy and influence. The feeling of urgency of patient reviewers to expand 
their input and influence sometimes collided with the, according to them, tedious 
developments at DCS. Patient reviewers considered it their task to convince the SC of the 
value of their involvement. 

Patient reviewer 1: We are the ones to decide on our involvement, not them [the SC].
Patient reviewer 2: It’s important to explain the essence of patient participation. We 
have to educate them [the SC] on this. (Patient reviewers during interviews)
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To consolidate the position of the PAC, the pilot programs in which patient reviewers 

participated in 2014 served to formalise and standardise patient involvement in proposal 

appraisal. Variables of change in these programs were: pre-applications assessed by PAC, 

facilitation of PAC-assessment meeting by DCS, formal weighting of assessments of PAC 

and SC, and PAC-representation at the SC meeting. Based on these insights, a process 

scheme (see Figure 7.2) established the procedures and extended them to all research 

programs except for fundamental science.

Following this process scheme, from 2015 onwards SC-members, patient reviewers, and 

DCS-staff were present at the SC-assessment meetings to discuss the funding advice. 

The position of the PAC was formalised in the grant allocation structure in 2016. Patient 

reviewers rejoiced this development, calling their representation in the SC ‘beyond dreams.’ 

Despite this achievement, however, many patient reviewers wished to measure the direct 

impact of their presence on the funding advice.

Patient reviewer 1: We were being listened to, there was a dialogue. The chair decides, 

that was all fine. But on closer inspection, the question arises how much influence 

we’ve actually had.

Figure 7.2. Process scheme of PAC-involvement in proposal appraisal, established for all research programs except 
for fundamental science. 
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Patient reviewer 2: Should we be equal discussion partners? Well, quite a lot needs 

to be done to achieve that, and I’m worried. What is our impact? We may feel it, but 

I want to actually see it.

(Patient reviewers during evaluative meeting of PAC-representatives) 

The project team therefore analysed the congruency of the assessments by the PAC and 

SC to the funding advice. A total of 63 research proposals (in 5 different research programs), 

all tendered in 2015, were analysed. This analysis corroborates with the doubts of the PAC 

regarding the quantifiable impact of their assessments on the funding advice. The PAC 

assessed 37 proposals positively, 18 mediocre, and 5 negatively. The PAC was inclined to 

give applying researchers the benefit of the doubt when the proposals were not entirely 

clear to them; this could, in part, explain their overall positive stance towards most 

proposals. In comparison: the SC assessed 24 proposals positively, 8 mediocre, and 28 

negatively. 

Regarding the proposals over which the PAC and the SC did not agree; for three proposals, 

the SC assessment was positive but the PAC assessment was mediocre. These proposals 

were all funded, and the comments of the PAC were forwarded to the applying researchers 

as additional feedback. There were no proposals in which the SC filed a positive assessment 

and the PAC a negative one. In 13 cases, the PAC assessment was positive but the SC 

assessment was negative, all resulting in a negative funding advice. As DCS applies the 

principle to solely fund research projects of sufficient scientific quality, a negative SC 

assessment on scientific quality seemed to outweigh the patient reviewers’ assessments 

on relevance. 

All applying researchers received the assessments of the PAC as feedback, providing them 

with suggestions to improve their proposals and making them aware of the patients’ 

perspectives. As such, the PAC assessments were not only part of the reviewing process 

of the SC, but also instrumental in raising awareness in the research field regarding the 

value of patient involvement in writing research proposals. Hence, the impact of the PAC-

assessments was not limited to a quantifiable measure. Patient reviewers often expressed 

their hopes that, in the future, ‘we [patient reviewers] are not needed anymore,’ as applying 

researchers would involve patients in the research process as a matter of course. 

The influence of PAC-representatives in the SC-assessment meetings was also assessed 

by participant observation and discussed in the evaluative interviews. All stakeholders were 

unanimously enthusiastic about their presence, as ‘the patient gets a face.’ 

Their presence [of PAC-representatives] helps SC-members realise there is a difference 

between knowing about the existence of a problem and experiencing the problem.

(DCS-staff member during evaluative interview) 
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Yet, the project team observed that DCS-staff and SC-members need to get accustomed 

to the presence of the PAC at the assessment meetings. This was mentioned in the 

workshop with research coordinators of DCS and frequently confirmed in the evaluative 

interviews. Although the DCS-staff aims at a dialogue between patient reviewers and SC-

members, this is not automatically put in practice. Based on the observations during the 

assessment meetings, several factors could be discerned which influence the discussion 

at the SC meeting. First, the assessment-meeting chair can affect the input of the patient 

reviewers and reinforce the PAC’s position by creating the right conditions, such as 

providing sufficient time to engage in a meaningful dialogue and give the floor to the patient 

reviewers explicitly. Also, starting an assessment meeting with all participants at the same 

time prevents PAC-representatives from entering the meeting with a disadvantage. Second, 

in the SC meetings we observed that the composition of the SC influences to what extent 

the contribution of the patient reviewers is appreciated. Plurality in scientific disciplines 

encourages an atmosphere in which the patient perspective is acknowledged. Patient 

reviewers contributed less to the discussions in SC-committees with a more homogeneous 

composition. Third, in the workshop the research coordinators indicated they needed to 

develop the skills and competences for a neutral, yet active role to combine the PAC-

assessment and the SC-assessment into a final funding advice.

From these insights, we can derive that the formal position of the PAC has been firmly 

established in the organisation; with respect to structure, adjustments can be identified 

such as the establishment and implementation of the process scheme. The effect of these 

measures was promptly visible. The above findings also demonstrate that a cultural shift 

is required to exploit the patients’ perspectives on proposals to its full potential. Examples 

of efforts focusing on cultural aspects are providing circumstances to encourage the 

dialogue between patient reviewers and SC-members and feedback to applying researchers 

from the patient reviewers’ perspectives. However, this also demonstrates that impact on 

culture takes time, as such a shift is a long-haul process. 

Exploitation of patient reviewers’ experiential knowledge

With respect to culture, many stakeholders, including DCS staff, SC members, and patient 

reviewers, share the opinion that, to converse at an equal level with each other, patient 

reviewers need to have some know-how of the scientific process, basic knowledge of the 

mechanisms of cancer, and be aware of current trends in oncological research. According 

to a DCS-staff member, this basic knowledge prevents patient reviewers from saying 

‘foolish things,’ thereby losing their credibility and ‘the goodwill’ of the SC. A number of 

patient reviewers attended an external training on epistemological issues specifically 

tailored for this audience to feel sufficiently equipped for their proposal appraisal tasks. 

Other stakeholders emphasised that patient reviewers also need a ‘backpack,’ consisting 

of patient experiences, to inform them when assessing grant proposals. Similarly, in both 

interviews and during the assessment meetings, SC members warned patient reviewers 

not to use scientific arguments to assess grant proposals. The project team therefore 
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encouraged patient reviewers to tap into their experiential knowledge rather than 

professionalise them regarding oncological research. For this purpose, the workshop 

‘Connect with a broader patient perspective’ was designed to make patient reviewers 

aware of the need to regularly calibrate their patient perspective by expanding their 

‘backpack’ of fellow patient experiences. However, due to time and organisational 

constraints, this workshop was postponed: it became part of the support program for 

patient reviewers in 2018. Additionally, in the workshop with patient reviewers the need 

for a limited term was recognised: similar to the SC from 2018 onwards, new members 

are invited to the PAC for a maximum of six years. 

The necessity to support patient reviewers in articulating their experiential knowledge was 

acknowledged by team PI. Especially in an environment inclined to highly value scientific 

knowledge and with patient reviewers gaining confidence through scientific training to 

converse with the SC on an appropriate level, experiential knowledge runs the risk of 

undervaluation. The difficulty to establish such a cultural change at DCS was illustrated as 

stakeholders outside of team PI seemed less aware of this issue.

7.6 DISCUSSION 

This research aimed at unravelling systemic factors influencing the embedding of 

meaningful patient involvement in proposal appraisal. By providing a detailed account of 

the developments at DCS, two overarching observations can be made. First, the changes 

in the structure of DCS are substantial. With the aid of adjusted forms, rules, and regulations, 

the PAC’s position within the organisation is firmly established and the patients’ perspectives 

are officially represented in the SC. Li et al. (2015) have described similar emphasis on the 

structural aspects of patient involvement in health policy decision-making: “[…] our findings 

reveal that there is a prevailing belief among decision-makers that such activities must 

meet robust design criteria to be considered a credible information source […]” (p. 17). 

Second, it has become apparent that an accompanying cultural change amongst all 

stakeholders at DCS is required, but that the effects of interventions aimed at this domain 

are less evident. The organisational context, with a tendency to structure daily work into 

standardised protocols and regulations, can be described as bureaucratic following 

Westrum’s typology (Westrum, 2004). Possibly, this also complicated reflexive discussions 

regarding the nature of stakeholders’ contributions. This may have hampered changes in 

daily routines and practices (practical domain) of patient involvement in proposal appraisal. 

The three issues described in the results section of this article support this analysis. 

For example, the findings regarding the implementation of structural adjustments illustrate 

how the positivist orientation of oncological research is traditionally prevalent at DCS, and 

how this seems to be at odds with the subjective nature of experiential knowledge. The 

PAC-members were asked, on the basis of their experiential knowledge, to help assess the 

appropriateness or relevance of research questions; the acceptability of research procedures 
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and research instruments to patients; and the acceptability of treatments and interventions 

to patients. This perspective of the PAC-members provided a complementary view to the 

proposal assessment process. As patient reviewers assessed the proposals on these issues 

in their personal capacity, explicitly not representing a larger patient community, the 

individuality of their experiential knowledge was highlighted. On the other hand, the 

interventions contributed to better formulated assessments and more consistency in the 

weighing of the assessment criteria, but limited the flexibility of patient reviewers to diverge 

from these criteria. In this respect, one may question to what extent the involved 

stakeholders, including the patient reviewers themselves, were trying to fit the subjective 

experiential knowledge into the (bio)medical research paradigm. In other we observed how 

the (bio)medical research paradigm pervades within a research funding agency preventing 

integration of the subjective experiential knowledge brought in by patients. Similar tensions 

between the current research paradigm and the flexibility needed to acknowledge 

experiential knowledge in oncological research have been described (Gray et al., 2000; 

Saunders et al., 2007), and patient representatives themselves have been concerned about 

the representativeness of their involvement (O’Shea, Chambers, & Boaz, 2017). Solutions 

have often been sought by increasing standardisation, training of involved patients to reduce 

the subjectivity of experiential knowledge, and improving representativeness of participants 

(El Enany, Currie, & Lockett, 2013; Li et al., 2015; Saunders et al., 2007). However, 

acknowledging the subjectivity of experiential knowledge could aid the knowledge co-

creation process, especially in contexts where robustness of the assessment process is a 

criterion for the credibility of patient involvement (Li et al., 2015; Pittens, 2013). 

Implementation of this notion in the assessment structure requires reflexivity of the 

stakeholders to acknowledge the different knowledge types. Using the workshop method 

on knowledge spaces described by (Gibson, Welsman, & Britten, 2017) could be helpful to 

enhance this collective reflexivity amongst all stakeholders, by explicating the four different 

dimensions of knowledge exchange. We hypothesise that in such an endeavour, the desire 

of PAC -members to move towards more expressive action and the goal of DCS to become 

an organisation open to change, would visualise clearly. Amongst researchers, for example 

those supported by DCS and who involve patients in their research agenda -setting and/or 

research conduct, the Patient Involvement Impact Assessment Framework (PiiAF) might 

be a very helpful tool to enhance this reflexivity. PiiAF aids in formulating stakeholders’ 

values regarding patient involvement, and manage diverging values (Popay & Collins, 2014). 

The findings regarding the second issue, the formalisation of PAC’s position, highlights that 

in DCS’ new requirements to fund proposals scientific arguments are complemented with 

the patients’ perspectives. However, the PAC has had little measurable effect on the 

funding decisions so far when following the definition of influence provided by Li et al. 

(2015). This finding corresponds to research by Andejeski et al., who similarly claim that, 

upon quantitative analysis, patient involvement in proposal appraisal does not alter which 

research gets funded (Andejeski, Bisceglio, et al., 2002). We did not investigate the impact 

of the comments of the PAC on the applicants that received their feedback or on members 
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of the SC. Although the effects of the interventions on the cultural level may be less 

measurable, they are not less valuable. Explicit attention to and reflexivity regarding the 

attitudes and values of participants aids in realising a truly equal dialogue, especially when 

the PAC and SC contribute incongruent assessments (Boaz et al., 2016). In this light, we 

agree with the conclusion by Staley and Doherty (2016) that “the information from patients 

does not [...] need to function as ‘evidence’ in the same way as the clinical and economic 

data [...]. It is better understood as an interpretive tool to aid [scientific reviewers] in their 

evaluation and deliberation of the existing clinical and economic data –it enables them to 

consider this evidence ‘in a different light’ (p.9). Team PI has taken on the challenge of 

operationalising these recommendations into concrete interventions taking place beyond 

the temporal scope of this article. 

The findings regarding the utilisation of patient reviewers’ experiential knowledge 

demonstrate the pressure on patient reviewers to adjust to the scientific dialogue. This 

phenomenon has been described as proto-professionalism in research and healthcare 

service development (Caron-Flinterman, Broerse, & Bunders, 2005; El Enany et al., 2013). 

Although team PI was aware of the necessity of a cultural shift on this issue, other DCS-

staff and SC-members seemed less inclined to acknowledge this. Possibly, the needed 

reflexive practices regarding the patient perspective were undermined by the structure-

laden nature of the organisation, as flexibility is required to implement the results of this 

discourse. Similarly, Boaz et al. (2016) argue that ‘the focus on the hardware of engagement 

(the how to, methods, approaches, guidelines etc.) rather than the software of values, 

norms and codes that shape scientific practice helps to explain how the policy to promote 

[Patient and Public Involvement] has made little impact on the attitudes of academic 

researchers’ (p.599). Our findings illustrate that leadership is required to achieve this cultural 

change: the attitude of the assessment-meeting chair is particularly important in facilitating 

an equal dialogue between the stakeholders. Also, the need for neutral and independent 

facilitation of heterogeneous meetings corroborates findings by Rowe and Frewer (2000) 

concerning the process requirements of effective patient involvement. 

Generalisability of research findings beyond the organisational context and proposal 
appraisal

This research is based on a single case study analysed over a prolonged period of time 

(2.5 years). However, we argue that our findings are applicable beyond the organisation 

studied, and partly also beyond the limits of proposal appraisal in the research cycle. By 

distinguishing between systemic barriers in culture, structure and practice versus 

contingencies, three overarching issues could be discerned analytically. 

First, the incompatibility of the objectivity-focused positivist research paradigm with the 

subjective nature of patient expertise was repeatedly highlighted in this case study. We 

can state that this paradigm is prevalent throughout health research conduct and decision-

making structures and the paradigm has been criticised for its neglect of patient 
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perspectives (Darlenski et al., 2010; Rosner, 2012). This study both unravels the real-world 

implications of such a prevalent paradigm in the decision-making structures of a research 

funding agency, and explains the difficulty to change such structures. We argue that these 

insights are valuable for other research funding organisations and may also be applicable 

to other patient involvement activities (not involving proposal appraisal).

Second, the influence of patient reviewers in the proposal assessments was examined in 

this case study. We acknowledge that there is a difference between quantifiable impact 

of patient involvement as described by Andejeski, Bisceglio, et al. (2002) and Li et al. (2015), 

and a focus on insight rather than impact as highlighted by Staley and Doherty (2016). In 

our study, the quantifiable impact of the patient reviewers can be described as limited, 

whereas the insights they provided in the SC-assessment meetings left important traces 

in the organisation. We consider this finding relevant mainly for other health research 

funding agencies as it may affect their evaluation measures of patient involvement in 

proposal appraisal.

Last, the pressure on patient reviewers to adjust to the scientific social norms has been 

observed in other instances of patient involvement in health research (see Chapter 8). In 

attempts to enhance stakeholders’ reflexivity regarding this issue, it would be interesting 

to further explore the role of leadership in achieving such a cultural change.

Methodological considerations

Patient involvement in proposal appraisal at DCS was studied by analysing the role and 

performance of the PAC. The RMA methodology provided the project team with the 

opportunity to closely examine the dynamics between the various actors and the system 

in which they operate. The monitor was frequently present at numerous (in)formal meetings 

and discussions for 2.5 years, enhancing trust and confidence with all relevant stakeholders. 

The action-oriented, yet reflexive research approach provided insights on recurring patterns 

in the system innovation; interventions were designed, executed, and evaluated in 

collaboration with the project team. As such, systemic factors influencing the system 

innovation could be distinguished from contingencies.

However, the closeness of the monitor to the organisation can also be characterised as a 

methodological limitation to the study; it required effort to zoom out of the day-to-day 

business to identify the systemic factors influencing the innovation. Regular and explicit 

moments of process reflection during the course of the study were needed to provide 

sufficient detachment from daily practical concerns. Similarly, a fruitful collaboration 

between the monitor and the team PI existed in which constructive feedback was 

appreciated, whilst all stakeholders acknowledged the constraining and enabling contextual 

factors. However, a stronger stand on the need for activities enhancing reflexivity 

throughout the organisation –e.g. the monitor more strongly confronting participants with 

the relatively low impact on some of the patient involvement indicators– could have 
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supported the system innovation more effectively. Although encouraging all stakeholders 

(including DCS-staff other than team PI) to reflect on their role and position in a system is 

theoretically an explicit component of the employed methodology, it proved difficult to 

organise this in a bureaucratic organisation. Recognition of this propensity and explicit 

attention to its consequences may aid in incorporating the patient perspective more 

meaningfully in proposal appraisal. 

7.7 CONCLUSION

DCS has successfully implemented several structural adjustments reinforcing the patients’ 

perspectives in proposal appraisal. However, an excessive focus on the structural aspects 

systematically reproduces the danger of tokenistic patient involvement. Therefore, the 

cultural domain was addressed too, as culture and structure jointly can fuel a practical 

change in working routines and habits more effectively. However, the effects of the efforts 

in the cultural domain take longer to materialise, possibly due to the bureaucratic context. 

We argue that more reflexivity is needed to incorporate patient involvement into the ‘DNA’ 

of all stakeholders. Emphasis on rules and regulations at an organisation should be 

considered a starting point and backbone of the system’s innovation, rather than a context-

bound factor. 

Thesis_Anne_Floor.indb   143 15-10-18   06:37



Thesis_Anne_Floor.indb   144 15-10-18   06:37



Meaningful and sustainable collaborations 

with patients in research decision-making; 

an intervention study at a Dutch 

academic hospital 

 

 

Chapter 8

Thesis_Anne_Floor.indb   145 15-10-18   06:37



CHAPTER 8 

146

ABSTRACT 

Patients are increasingly involved in research decision-making in order to better address 

research needed regarding their health. However, systemic barriers impede collaborations 

between patients and researchers, and little is known about how participants can overcome 

these barriers. We conducted a case study at a research department of an academic 

hospital in the Netherlands, which aimed to involve patient representatives meaningfully 

and sustainably in research decision-making. We co-created and reflexively evaluated this 

project employing the participatory methodology Reflexive Monitoring in Action. Participants 

valued patient perspectives and were motivated to collaborate; the process of setting an 

informal research agenda collectively was a clear and concrete goal with a visible end 

product. However, the project contributed relatively little to the institutionalisation of patient 

involvement in research decision-making. This was due to barriers such as difficulties to 

create a sense of ownership among the staff in the organisation. Furthermore, the 

collaboration was not incorporated into the daily routines of the involved researchers. 

Outside the sphere of influence of this collaboration, the rigidity of the medical research 

funding system limited the flexibility that is required to meaningfully involve patients in 

research decision-making. We aimed to enhance the embedding of patient involvement 

by interactively reflecting upon the encountered barriers during the project. To enhance 

the sustainability of meaningful patient involvement, the following elements are required: 

(1) second-order reflexivity and an action-oriented stance amongst the participants to 

overcome the systemic barriers of a collaboration, (2) a sense of ownership within the 

organisation, providing sufficient organisational and financial support to guide the required 

structural adjustments, and (3) lasting organisational flexibility to sustainably and effectively 

implement the results of the collaboration.
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8.1 INTRODUCTION

Patients are increasingly involved in research decision-making (Elberse et al., 2017). Three 

arguments in favour of such involvement are identified; first, patients’ experiential 

knowledge realized by living with their disease as well as their encounters with the 

healthcare system can complement the scientific perspective (Caron-Flinterman, Broerse, 

& Bunders, 2005). This enriches the knowledge production process. Second, patient 

involvement can be considered a democratic right (Goodare & Smith, 1995; Jenny Popay 

& Williams, 1996). Finally, patient involvement can aid the implementation of research 

outcomes into healthcare practice, increasing the societal impact of research (Collins & 

Evans, 2002; Williamson, 2001).

Patient involvement can occur in each step of the research cycle, including the formulation 

of topics to be researched as well as during the conduct of research (Elberse, 2012). In 

particular, the setting of a research agenda from patients’ perspectives has gained popularity 

(Elberse et al., 2017). These endeavours have been initiated by patient organisations 

(Schölvinck, Pittens, & Broerse, 2017; Schölvinck, de Graaff, van den Beld, & Broerse, 

(under review); Wright, Corner, Hopkinson, & Foster, 2006), funding agencies (Broerse, 

Zweekhorst, de Groot, & Oud, 2006; Broerse, Zweekhorst, et al., 2010; Caron-Flinterman, 

Broerse, Teerling, et al., 2005; Deane et al., 2014), civil society organisations such as the 

British James Lind Alliance (Cowan & Oliver, 2016), or researchers (Baart & Abma, 2011; 

Elwyn et al., 2010). In addition to including patients’ perspectives in research agenda-

setting, some scholars have studied patient collaboration during other steps of the research 

process (see e.g. Abma, Nierse, & Widdershoven, 2009; de Wit, Elberse, Broerse, & Abma, 

2015; Howe et al., 2017; Lindenmeyer, Hearnshaw, Sturt, Ormerod, & Aitchison, 2007). 

Although the benefits of patient collaborations in research have been described and 

validated extensively (Jenner, Gilchrist, & Baker, 2015; Lindenmeyer et al., 2007; O’Donnell 

& Entwistle, 2004a), meaningful partnerships between patients and researchers tend to 

be exceptions with little sustainable embedding in the health research system (Elberse et 

al., 2017; Ward et al., 2010). Caron-Flinterman (2005) has defined the principles of 

meaningful patient involvement in research decision-making as a collaborative process in 

which all involved stakeholders are represented on an equal basis (numerically and in 

power), with a transparent process structure regarding roles, tasks and decision-making 

moments, and neutral process management. Meaningful patient involvement entails that 

the decisions taken reflect the inputs and perspectives of patients as well as of other 

stakeholders involved. A substantive, procedural and reflexive learning process must also 

have taken place (Caron-Flinterman 2005).

However, as long as patient involvement cannot be considered an axiomatic component 

of the health research system, there will always be a danger of window-dressing. As early 

as 1998, scholars indicated that “despite the positive attitudes of health and social services 
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managers and professionals [towards user involvement], all were careful to leave 

themselves with the ammunition to ignore the outcomes […], and many were able to use 

it for their own internal political purposes” (Harrison & Mort, 1998, p. 67). More recent 

studies also warn against tokenism (Brett et al., 2014; Li et al., 2015). Challenges 

encountered in collaborations between patients and researchers include asymmetrical 

relationships between the stakeholders, ambiguity about patient representatives’ roles and 

responsibilities, and practical issues regarding accessibility and reimbursement. 

Furthermore, patient involvement is often confined to one-off initiatives with little follow-up 

or continuation (Elberse et al., 2017). 

Elberse et al. (2017) argue that current systemic barriers counteract the meaningful and 

sustainable involvement of patients in health research. Consequently, tokenistic involvement 

of patients is a possible pitfall (Syrett, 2003). To overcome these barriers, a system 

innovation is needed. This implies that stakeholders’ perceptions of the value of different 

types of knowledge (culture), the organisation (structure), and the execution (practice) of 

research decision-making all need to be adjusted (van Raak, 2010). Such a system innovation 

aimed towards patient involvement does not take place overnight, as the systemic features 

of the dominant supply-driven health research regime will resist change (Rotmans, Kamp, 

& van Asselt, 2001) through the reproduction of dominant structures that can be interpreted 

as systemic mechanisms (Schuitmaker, 2012). However, knowledge co-production 

processes, in which the patients’ perspective is incorporated in research decision-making, 

are taking place on a small scale. Such initiatives can be described as niches with an 

“unstable sociotechnical configuration” (Geels & Schot, 2007, p. 400) in which participants 

experiment with alternative approaches to common practice. 

The network of researchers and patient partners in rheumatology research, as described 

by Elberse et al. (2009), can be considered such a niche. In her insightful analysis of the 

network from a systemic perspective, Elberse (2012) provides a list of systemic facilitators 

and barriers influencing the collaboration between researchers and patient representatives. 

Similarly, Pittens, Elberse, Visse, Abma, and Broerse (2014) describe the facilitating and 

impeding factors which influence the sustainable embedding of research agendas in which 

experiential knowledge of patients was articulated. The contextual factors influencing the 

implementation of research agendas, as discerned by Pittens et al. (2014), can be 

interpreted from a systemic perspective. Table 8.1 represents the integrated findings of 

Elberse (2012) and of Pittens et al. (2014). 

In addition to the unravelling of systemic features which support or impede the meaningful 

and sustainable involvement of patients in research decision-making, we argue that it is 

necessary to operationalise these insights. In the retrospective analyses of Elberse (2012) 

and Pittens et al. (2014), an operationalisation of the facilitating factors is lacking, and it 

remains unclear both how the described factors interact as well as how the systemic barriers 

can be resolved. This insight is important to enable participants to overcome the systemic 
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Table 8.1. List of systemic facilitators and barriers influencing the sustainability of patient involvement in health 
research decision-making.  

Facilitators 

Practice 1 Organisation of local meetings with patient partners to exchange experience and create 
solidarity within (and with) the network

1,2 Presence of change agents: proactive members of the partnership who organise meetings, 
request information and updates and suggest possible tasks for patient partners and 
improvements upon the collaboration

1,2 A ‘personal click’ between participants making the collaboration more natural and 
enjoyable, as well as the presence of existing (informal) relations

1 Presence of neutral monitors who provide personalised advice and support and who 
address specific needs or ideas

1,2 Creating visibility and awareness regarding the collaboration 

Culture 1 Perception of the partnership as a learning experience, with willingness to invest time and 
attention to gain new knowledge and to optimise the collaboration

2 Ownership of collaboration, intention to use topics from patients 
1 Discussing expectations and making clear agreements regarding contact, responsibilities 

and potential tasks for patient partners
1 Researchers gaining insight into the added value in order to enhance motivation 
2 Habitation, time to get accustomed to patient involvement 
2 Sense of urgency with regards to the inclusion of patients’ perspectives in decisions
2 Willingness to cooperate, cultivation of openness to each other’s perspectives

Structure 1,2 Presence of financial resources to set up the collaboration and align patients’ topics into a 
funding programme

2 Compatibility with the structures and procedures of a funding agency 

Barriers

Practice 1 Difficulties identifying suitable tasks, requiring no scientific training or scientific 
competences for patient partners 

1 Lack of insight into research procedures of patient partners, leading to frustration about 
progress or rigidity of research 

1 Lack of initiative by all participants, leading to little (maintained) interaction 
1 Quick communication and ad hoc decisions made amongst researchers in the absence of 

the patient partners
2 Inappropriate timing of the collaboration with regards to implementation of its decisions 

Culture 1 Researchers not seeing the added value of the patient partners’ knowledge and therefore 
not giving the collaboration priority as it provides little scientific payoff

1 (Unconscious) use of jargon, making it difficult for patient partners to understand and 
contribute to the discussions 

2 Tension between participants

Structure 1 Insufficient support and attention to needs, questions and support, which in turn hinders 
effective collaboration 

1 Lack of consequences when the collaboration ceases to exist (as research funding 
agencies do not require patient involvement)

1 Ambiguity about who is responsible for the supervision of the patient partners, e.g. in 
providing training, insight into the research process, facilitation and instructions 

1 Insufficient time available for the process facilitator to establish and maintain relationships 
with all involved participants 

Note. Facilitating and impeding factors are retrieved from: 
1 Analysis of the network of researchers and patient partners in rheumatology research (Elberse, 2012).
2 Evaluation of the factors influencing programming and implementation of research agendas (Pittens et al., 2014).
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barriers; one must attempt to “reframe [these discursive barriers] and develop alternative 
ways to cope with them” through interactive reflexivity (Metze et al., 2017, p. 2).
Therefore, in order to unravel and overcome the systemic features influencing the 
meaningful and sustainable involvement of patients in research decision-making, we co-
created and reflexively evaluated collaboration between patient representatives and 
researchers within a research department of an academic hospital. We postulated the 
research question: How can patients meaningfully collaborate in research decision-making 
at an academic hospital in a sustainable way through interactively reflecting on the systemic 
features influencing this collaboration? 

8.2 CASE STUDY

To unravel and overcome the systemic features influencing the meaningful and sustainable 
involvement of patients in research decision-making, a patient involvement project 
(henceforth: project) was co-created and reflexively evaluated between January and 
December 2016. This project took place within the sarcoma research department of an 
academic hospital in the Netherlands. This hospital had some experience involving patients 
in (the evaluation of) healthcare, but there were no pre-existing initiatives involving patients 
in research. 

As soft tissue sarcoma (henceforth: sarcoma) is a relatively rare type of cancer (Toro et al., 
2006), clinical research is restricted by the limited number of patients who are eligible to be 
prospective subjects. The heterogeneity of different types of sarcoma tumours, which have 
varying aetiologies and prospects for patients, further complicates the (clinical) research 
process (Toro et al., 2006) In addition, laboratory research into the prevention and mechanisms 
of disease is limited due to the low prevalence. This implies that research agenda setting is 
influenced relatively heavily by a trade-off in the allocation of scarce resources. 

Four patient representatives (two each from two relevant patient organisations) were invited 
to the collaboration. The patient organisations vary in size, scope and level of professionalism. 
One is specifically aimed at people with Gastrointestinal Stromal Tumour (GIST). In 2016 
it had approximately 350 members, consisting of patients and their relatives. The 
organisation is an active member of the Dutch Federation of Cancer patient organisations, 
liaising regularly with medical specialists and collaborating with international patient and 
healthcare organisations. The other patient organisation, open to people with different 
types of sarcoma, is much smaller (approximately 30 members in 2016) and less 
professionalised. Both organisations aim to improve the availability of information for 
patients, as well as peer-to-peer support and patient advocacy. 

The project 

A funded project was intended to be the start of a long-term collaboration between 
researchers, health professionals and patient representatives (collectively called the project 
team), of which the first twelve months were to be facilitated and monitored by a research 
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team comprised of the authors of this study and two other academic researchers. 
The project consisted of research agenda-setting activities and discussions regarding 
patient involvement in decisions during research conduct. A process facilitator (author AS) 
prepared and facilitated four dialogue meetings during which the project team was present, 
as well as numerous intermediate meetings with a subset of participants. The process 
facilitator was also responsible for the minutes of each meeting. During the meetings, the 
process facilitator aimed to build up mutual trust between the participants by creating 
conducive social conditions such as an open and respectful atmosphere. 

Agenda-setting
The project team decided to start the collaboration with the development of one or two 
research proposals based upon a shared research interest. To formulate a research theme 
from the patients’ perspective, the patient representatives formulated research topics 
based on their frequent contact with other patients and patient representatives. Members 
of the patient organisations could prioritise the topics in an online questionnaire and they 
could add any research ideas to the list. Both patient organisations received practical 
support (according to their needs) from the process facilitator in organising this process. 
In total, 103 members of the patient organisations filled out the questionnaire (response 
rate: 23.4%). Validation of these research themes took place during two workshops that 
were part of a contact day organised by one of the patient organisations. Approximately 
70 patients were present at the workshops. Both patient organisations presented the 
highest prioritised research themes based on their grassroots consultations. The 
researchers also presented additional research themes in which they particularly considered 
the patients’ perspectives having additional value. 

The project team selected three research topics to further develop into research proposals. 
Selection criteria included: (1) relevance to patients; (2) personal/ professional interest of 
researchers; (3) technical and financial feasibility; (4) recruitment feasibility (in the case of 
clinical research); (5) ‘quick win’, yielding short-term results to create enthusiasm for the 
collaboration; and (6) the necessity of establishing new collaborations with researchers from 
other disciplines. See Table 8.2 for the complete list and the selected research themes. 

Patient involvement in existing research 
At the start of the collaboration, one of the researchers (PhD-candidate) presented his/her 
prospective research. The project team agreed that patient representatives could be 
included throughout various stages of the research. Once this decision was reached, the 
process facilitator and the PhD-candidate discussed the options for involving patients in 
the prospective research. They identified key decision-moments in the research plans when 
the patient input was expected to be beneficial. They also discussed the practical aspects 
of patient involvement, including who should be involved, the frequency of meetings and 
who should take the initiative to organise the meetings. Following the agenda-setting 
activities, the project team agreed that some of the patients’ highly prioritised research 
topics could be incorporated into the PhD research project. 
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8.3 METHODOLOGY 

Unravelling and overcoming the systemic features influencing the meaningfulness and 

sustainability of patient involvement in research decision-making requires a research 

methodology that stimulates reflexivity amongst all those involved, while also being action-

oriented. To achieve this, the Reflexive Monitoring in Action (RMA) approach, developed 

by Van Mierlo et al. (2010), was employed. RMA integrates interventions and reflexive 

monitoring to make each action an integral part of the learning process. Hence, data 

acquisition at the monitoring level aiming to unravel the features related to culture, structure 

and practice that impede or contribute to the system innovation largely coincided with the 

activities carried out during the project.

Data collection

Semi-structured interviews were conducted at the start of the project with the involved 

project team: academic researchers (n=3, two principal investigators and a PhD-candidate 

in oncology) and patient representatives (n=4, from the two different patient organisations). 

Interviewees were asked why patients should, or should not, collaborate in research 

decision-making and which barriers or facilitators they expected to encounter in the 

collaboration. 

Table 8.2. List of research themes prioritised by patients, or contributed by researchers. Selected research topics 
are indicated in bold. 

Research theme Proposed by 

Characteristics and course of sarcoma patients in specialised care 
centres vs. non-specialised hospital

Patient representatives and 
researchers

Follow-up of patients after treatment has ended Researchers 

Return to employment Researchers 

What are measures that can help prevent the emergence of sarcomas? 
(e.g. environment, nutrition, cease smoking, exercise)

Patient representatives

What are the similarities and/or differences between tumours in 
various parts of the body? (e.g. size, metastasis, severity)

Patient representatives

What is the effect of treatment on the body? (e.g. surgery, radiation 
therapy, radiofrequency ablation, chemotherapy)

Patient representatives

What is the effect of having a sarcoma on mental health? Patient representatives

Surgery in case of metastases Patient representatives 

Fatigue Patient representatives

Long-term side-effects of prolonged use of imatinib
[Imatinib is a frequently used chemotherapy for people with GIST]

Patient representatives 
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During all dialogue meetings and informal meetings of the collaboration, the process 

facilitator and an additional researcher performed participant observation. An observation 

scheme was employed to structure the observations with regards to the meaningfulness 

and sustainability of the project (see annex). Observations were recorded in a logbook and 

discussed weekly with the research team to triangulate the findings. Additionally, all 

dialogue meetings were concluded with a reflective discussion, in which the project team 

explicitly evaluated the progress of the collaboration. 

Semi-structured evaluative interviews (n=6) were conducted with all participants in the 

project team except for one patient representative who was absent due to personal 

circumstances. Topics discussed included: the participants’ general impressions of the 

collaboration; the participants’ own contributions to the discussions and the atmosphere; 

the contributions of other participants; the set-up and process facilitation of the dialogue 

meetings; the time invested; the clarity of the participants’ own roles and responsibilities 

in the collaboration as well as those of others; and, finally, the transparency of the decision-

making process. Patient representatives were additionally questioned regarding how much 

their participation was of based on input from their grassroot support.

Seven months after the termination of the project, a grant proposal to conduct a follow-up 

implementation project to support the collaboration was submitted to the funding agency. 

This proposal was written by staff members of the academic hospital in close collaboration 

with the research team and included input from patient representatives. The (informal) 

conversations regarding the development of this grant proposal further informed the 

research team about systemic factors affecting the sustainability of the collaboration and 

thus were (after consent was given) included as data collected for this research. Interviews 

were conducted by telephone with involved participants (n=3) to gain insight into follow-up 

activities approximately 11 months after the termination of the project. Interviewees were 

asked: (1) who had initiated such meetings or activities; (2) why they had participated or 

refrained from doing so; and (3) what their experiences were during the aftermath of the 

project. 

Data analysis

All formal interviews were recorded (after verbal consent was given), transcribed verbatim 

and summarised. Minutes were taken of all the meetings relating to the collaboration. 

Informal conversations and post-hoc interviews were summarised. All minutes and 

summaries were member checked. Additionally, participant observations were recorded 

in the researcher’s logbook. The logbook, transcripts and summaries were analysed through 

semi-directive content analysis (Green & Thorogood, 2004) in order to identify systemic 

barriers and the facilitators related to meaningful and sustainable patient involvement (see 

Table 8.1). The research team met regularly to discuss coding and agree upon findings. All 

citations in this article are translated from Dutch. 
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Ethical considerations 

We adhered to the national code of ethics for research in the social and behavioural science 

involving human participants (Scientific and Ethical Review Board, 2016). As such, the 

privacy and confidentiality of participants’ contributions were respected; all transcripts and 

summaries were made anonymously. Only one author (AS) had access to the keys. No 

approval of an accredited Dutch medical research ethics committee was needed for this 

study, as it did not involve medical research or any form of invasion of the participants’ 

privacy.

8.4 RESULTS

In this section we first describe the participants’ expectations of the collaboration. In 

addition, the insights into the meaningfulness of patients’ input are presented. Last, the 

sustainability of the collaboration is discussed.

Participants’ expectations regarding the collaboration 

At the start of the project, all participants’ expectations were made explicit. The interviews 

revealed that: (1) participants’ had little experience with patient involvement, but their initial 

attitude towards patient involvement was relatively open; (2) when considering the patient 

representatives’ conduct in the collaboration, the project team expected compliance to 

prevalent social norms in the scientific world; and (3) the project team reflected little on 

concrete adjustments necessary to configure the current organisational structure more 

towards the routine involvement of patients. Each is elaborated upon below. 

Participants in the project team expressed their intrinsic motivation to join the collaboration 

and their high expectations of its outcomes. Patient representatives and researchers had 

little experience in collaborating directly with each other, but they expected that patients 

would have the ability to formulate or steer research based on their experiential knowledge. 

Furthermore, one of the researchers expected patients to be able to define relevant 

outcome measures of research: for example, to be able to operationalise quality of life 

from the patients’ perspective. One researcher also mentioned that the societal 

expectations of patient involvement were a motive to participate in the study. Three patient 

representatives mentioned their democratic right to be involved in decision-making 

processes related to research. One patient representative specifically mentioned that 

researchers and healthcare professionals may have different stakes and that it was 

important that someone represent the stakes of the patient. 

Patients have different stakes compared to all other people involved in research. I’m 

thinking of universities, doctors, healthcare professionals, the pharmaceutical industry, 

they all have their own agenda. […] The pharmaceutical industry simply aims to 

distribute profits to their shareholders, and if it benefits the patient that’s a bonus. That 

is how things work […]. But also universities: resources for research are scarce. So 
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you have your own research agenda, your own publication agenda. That affects what 

you want to study and how you want to study it. That doesn’t have to be the same as 

what the patient or patient organisation has in mind. (Patient representative during 

interview)

The democratic right to be involved and the argument to solely represent the patients’ 

stakes was only mentioned by patient representatives. This suggests that researchers held 

a more consequentialist position in this issue when compared to patient representatives’ 

deontological standpoint. 

All participants in the project team expected patient representatives to comply with the 

prevalent language and social norms of research decision-making. Knowledge of the 

research process was considered a prerequisite for patient representatives to contribute 

effectively to the collaboration. The inertia of scientific research, its prudence in the 

implementation of research results and cautiousness when applying research results to 

other areas should be considered an inherent part of the scientific conduct. Researchers 

expected that a lack of such understanding could be frustrating and demoralising for patient 

representatives. One researcher, however, reflected on the issue of protoprofessionalisation; 

he argued that the scope of patient representatives’ contributions could be restricted if 

they had extensive knowledge of the research field. 

Some participants reflected on the current organisational structure: they noted that it was 

not configured to involve patients in the decision-making process and that establishing a 

new routine would not take place by itself. For example, researchers expected that a lack 

of time or prioritisation could impede sustainable patient involvement. Although this 

problem was identified, the participants reflected little on the underlying routines and 

structures causing such barriers and/or its solutions. Few ideas were put forth regarding 

what concrete adjustments were needed to achieve a meaningful and sustainable 

collaboration. 

It became clear that although participants were motivated to join the project, meaningful 

and concrete results in the collaboration would be important to motivate the participants 

(especially researchers) to maintain it. Furthermore, the participants displayed little 

willingness to reflect on the underlying values, assumptions and structures of health 

research decision-making. For example, compliance to the social norms of the scientific 

world was taken as a given, rather than a point of discussion. Also, some constraining 

systemic features in structure were noted, but the participants offered few solutions. These 

observations were worked on during the next phase of the research. 

Meaningful patient involvement in the collaboration

The meaningfulness of the patient representatives’ contributions to the collaboration is 

corroborated by jointly setting clear and concrete goals and by patient representatives who 
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have experience and confidence in voicing their opinion. The process facilitator aimed to 

create an atmosphere of respect and openness to facilitate constructive interactions, which 

included taking into account the need for translation between the language of patient 

representatives and researchers. Generally, patient representatives were satisfied with 

their influence on the decisions taken in the collaboration, but participants only sporadically 

reflected on their different perspectives. 

The joint process of research agenda setting was seen as a clear and concrete goal with 

a visible end product. The contributions of the patient representatives were clear, further 

motivating the project team. Some of the topics on the research agenda (see Table 8.2) 

were surprising to researchers, e.g. patients’ highly prioritised research on long-term side-

effects of prolonged use of chemotherapy. The researchers had not realised that this was 

a concern to patients, as they mainly considered the prolonged life expectancy of patients 

as a medical achievement. The consultation, including the validation workshop at a contact 

day organised by the patient organisation, confirmed and legitimised the representative’s 

role; it demonstrated that they spoke on behalf of grass-root support. 

Some patient representatives had difficulty and lacked confidence when articulating their 

research needs, as described by one of the patient representatives. 

In my mind I know everything quite well. But to say it... If I have to speak out, I don’t 

know, I become anxious. [...] It’s okay to think outside of your comfort zone, but then 

I realised I also had to formulate it. (Patient representative during interview)

Other patient representatives had more experience with voicing their perspective. Some 

patient representatives and researchers related the ability to voice one’s own perspective 

to the influence one has on the course of the discussion. Although one researcher stated 

that he took all those involved equally seriously, another researcher suggested that the 

more well-articulated one’s point is, the better it can be incorporated into the decision-

making process. 

The process facilitator attempted to create an atmosphere of respect, openness and 

constructive interaction, as she was aware of the danger of inequality existing in the 

dialogue meetings between the patient representatives with more and less articulated 

views. To attempt to prevent this inequality, she tried to build trust between the participants. 

She regularly reminded researchers to express themselves in lay terms, and she gave the 

floor explicitly to patient representatives with less articulated research needs. This involved 

a precarious balance of encouraging the patient representatives to speak up while also 

avoiding belittling them. For example, on one occasion the process facilitator invited a 

patient representative to be the first to state his/her case in order to prevent it from being 

overlooked in the following discussion. However, this strategy backfired; it heightened his/

her anxiousness as (s)he was insecure of what was expected of him/her. In subsequent 
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discussions, the process facilitator invited other patient representatives to start the 

discussion, but paid extra attention to giving the floor later to less articulated colleagues. 

The less articulated patient representative appreciated this approach. 

Patient representatives were generally satisfied with the influence of their contributions 

upon the decisions made in the collaboration. This was largely dependent on the feeling 

of being listened to during the meetings and the impression that their input either affected 

the decisions taken, or that there were sufficiently convincing arguments for not granting 

their research wishes. Despite this satisfaction amongst the patient representatives 

regarding their own contribution, one of the patient representatives wondered to what 

extent the input of his/her (lesser articulated) colleague was spun by the researchers to 

their advantage. 

It’s not entirely clear to me yet what their exact input was [of the other patient 

representatives]. [...] I have the feeling that the researchers think, well, we’ll think of 

a nice research project that fits this topic. But I feel it’s not the theme sarcoma patients 

are really waiting for. (Patient representative during interview)

Participants in the project team occasionally reflected on their different perspectives. For 

example, during a dialogue meeting one of the researchers presented some sensitive 

information about the patient population’s life expectancy. The participants discussed the 

emotional effect such information can have on the patient representatives and whether 

this should be considered in the decision to present such information. They jointly concluded 

that no information should be concealed but that all participants need to be aware that 

some information can be distressing. Other than these incidental reflections on (the content 

of) each other’s contributions, the participants did not explicitly address the underlying 

values and assumptions of their perspectives. They did acknowledge and reflect on 

everyone’s different interests, as several interviewees pointed out that an open and safe 

environment was needed, and a facilitator that was neutral was therefore crucial to the 

success of the collaboration. However, several interviewees indicated that they considered 

the explicit reflection on the process at the end of each dialogue session to be excessive 

(see below). They argued that a facilitator steering the process in the background should 

be sufficient for a smooth collaboration. 

Sustainability of the collaboration

The sustainability of the collaboration was, from the start, an explicit goal; although the 

duration of the project was limited to 12 months, all participants in the project team 

expressed their intention to prolong the collaboration for as long as they deemed it 

worthwhile. Several facilitating and constraining factors were identified to sustaining the 

collaboration between researchers and patients. A facilitating factor was the motivation of 

all participants in the project team. Identified barriers included: (1) difficulty of creating 

ownership of the collaboration within the organisation; (2) a rigid funding system limiting 
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the flexibility required to incorporate patients’ perspectives meaningfully in research; (3) 

the perception of researchers that the collaboration was an additional burden on top of 

their regular workload; and (4) a lack of willingness to participate in reflexive learning. Each 

factor is described in more detail below. 

Motivation of participants

Participants’ motivation was strong throughout the project. All participants were present 

at all dialogue sessions, except for one patient representative who could not be present 

at all meetings due to personal circumstances. This demonstrates their motivation and 

how much they valued the meetings. In an evaluative interview, one of the researchers 

acknowledged the value of patients’ involvement. 

Previously, I simply had never really considered it [to involve patients in research]. […] 

Now, I’m more like, it’s quite logical, why did I never do that before? (Researcher during 

interview)

The collaborative decision to focus on a goal that could yield concrete results (a research 

agenda) and lead to follow-up actions (e.g. research proposal writing) was based on the 

interviews conducted prior to the project and jointly made during the first dialogue meeting. 

The decision was inspired by participants’ statements that concrete, direct outcomes would 

contribute to their motivation to sustain the collaboration. In addition to the agenda-setting 

activities, a PhD-researcher was invited to the project to incorporate the input of patient 

representatives into his/her prospective research line. There was a less concrete outline 

prepared for such involvement. Despite encouragement from the process facilitator, no 

activities were undertaken to involve patients (or patient representatives) further in his/her 

research decisions. 

Difficulty of creating ownership

A systemic barrier limiting the sustainability of this collaboration was poignantly observed 

in two examples related to a lack of sense of ownership, which is required to organise joint 

activities beyond the duration of the project. First, the project team emphasised that a 

process facilitator was needed to prepare, facilitate and evaluate meetings and to support 

the various participants.

This has been said a thousand times already, it was you [the process facilitator] who 

made this either a success or a failure. Well, in my opinion this was a success. […] It 

was about blocking the agendas, coordination, and just leading the meeting. And you 

guide these meetings ‘emotionlessly’, with which I don’t mean coldly or passively, but 

you are really there to spend the time in the meetings as effectively as possible. This 

coordination, that is of the utmost importance. (Researcher during dialogue meeting)
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In response, the research team sought advice regarding the competences of a process 

facilitator. A staff member of the academic hospital asked for a profile description in which 

the role, responsibilities and competences of the process facilitator were described. 

Although this profile was discussed with the organisation’s manager, it proved problematic 

to appoint a process facilitator due to budgetary, organisational and personnel constraints. 

This underlines the fact that the structural adjustments required to sustain the collaboration 

were insufficient and that there was no one to which to transfer the ownership of the 

collaboration, hence, limiting the feasibility of follow-up of the project. Second, the research 

team had difficulty persuading the staff members to take the lead in writing the proposal 

for the follow-up project, although the project team and staff members of the academic 

hospital were convinced of the need and value of continuing the collaboration. All those 

involved agreed that external funding was required to further embed the collaboration, and 

the funding agency supporting the initial project expressed their willingness to invest in a 

two-year follow-up project. However, a transfer of ownership of the project (from the 

research team to the staff members of the academic hospital) was constrained as the staff 

members were insecure of their competencies in leading such a collaboration, and they 

had difficulty allocating time to write the grant proposal. Securing assistance from the 

research team and submitting the grant proposal as an implementation project, rather than 

a research grant, helped in convincing the staff members to become lead-managers of the 

proposal. They recognised that the funding agency was not willing to structurally support 

the collaboration beyond its initiation phase, and they recognised the value of their role as 

lead-managers of the project regarding the sustainable embedding of the collaboration. 

Rigid funding system

Another barrier in structure to sustained patient involvement was found outside the sphere 

of influence of this project: the feasibility of implementing the decisions made in the 

collaboration was hindered by the current funding system of (bio)medical research. In 

grant-allocated research12, the performance indicators are determined prior to the 

commencement of the research itself and commitment is required to ensure funding. 

However, involving patients requires flexibility during the conduct of research; priorities 

may shift or outcome measures may be adjusted, leading to a modified research set-up. 

During the collaboration, researchers were aware of the tension between the pre-defined 

performance indicators of the existing research line and the diverging research wishes of 

the patient representatives. 

The person carrying out this research is going to be a PhD-student. Well, as a supervisor 

you have a roadmap for him/her. That’s what you have to protect. (S)he’s being financed 

by funds that don’t have anything to do with this project. So you have to make sure 

the project, as initially planned for him/her, is not endangered because (s)he’s involved 

12 In the Netherlands, approximately 60% of all funds allocated to health research is project-based or grant-allocated 
(Koier, van der Meulen, Horlings, & Belder, 2016).
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in all kinds of fun side-projects [not contributing to the predetermined deliverables], 

based on this collaboration. That’s what you’re trying to avoid. (Researcher during 

interview)

To encourage hesitant colleagues to cross the line and make them realise the additional 

value of patient involvement, one of the involved researchers suggested that the health 

research financing system should provide external incentives for researchers to involve 

patients in their research. 

You need to give a positive incentive to it. If researchers don’t have this intrinsic 

motivation themselves, you should impose it extrinsically and hope they will internalise 

it. […] Money. I mean, if you really take it seriously, an institution should write a call 

in which money is available for a proposal clearly written in collaboration with patients. 

And not, like is often the case now, that patients are asked to sign a finished protocol. 

It should be supported, for example, following the procedures we’ve developed here. 

If that happens and it’s a fine proposal, there should be money available to actually 

carry out the research. That would be a very important external incentive to many 

researchers to start involving patients. […] You should realise that the moment such 

an external incentive is discontinued, what is the extent in which that motivation is 

intrinsically present with researchers? That remains the question. It should serve as a 

flywheel, these calls. When it ends, you just hope some of it will remain flying. 

(Researcher during interview)

Perceived as additional burden to workload

Prior to the start of the project, researchers were worried about the extra workload the 

collaboration would entail. This barrier was illustrated by the researcher’s concern about 

the consistency of his/her PhD-student’s research line and was also mentioned in the start 

interviews.

It’s complicated; you have all your own pursuits running parallel... So it gets complicated 

when the ideas [of patients] keep flowing, then you can’t keep up with it anymore. 

(Researcher during interview)

Indeed, during the project, researchers perceived the collaboration to be an ‘additional 

burden’ on top of their regular workload, rather than a replacement for their daily course 

of action. This barrier indicates that the collaboration did not induce a profound change in 

the daily and conventional routine of researchers. This was also demonstrated in an incident 

that happened approximately six months after the start of the project. A colleague of a 

researcher involved in the collaboration was preparing two research grants and realised at 

the last minute that the required letters of support from a relevant patient organisation 

were still missing to the proposals. The close contacts of the researcher in the project with 

the patient representatives provided the opportunity to receive the letter on short notice. 
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However, due to time constraints and a rigid, standardised research protocol, there was 

no opportunity to incorporate any of the patient representatives’ input in the proposal. 

Thus, an approval letter was written and sent out without any further involvement of the 

patient representatives. The tokenistic traits of this situation were recognised by the 

involved researcher afterwards, but (s)he indicated that this was not out of the ordinary 

outside of the project. 

Lack of willingness to reflect on the process

A fourth systemic, underlying barrier observed in this project was a lack of willingness and/

or ability of the participants to perceive the collaboration as a learning experience; reflexivity 

was limited. As the participants did not have prior experience collaborating with the other 

stakeholders, they did not understand the necessity of reflecting upon their collaboration 

to sustain it. During the collaboration, we observed mutual learning taking place on a 

substantial level; the concrete results of the agenda-setting process motivated all 

participants. Furthermore, the involved researchers frequently expressed their appreciation 

of the patient representatives’ efforts during the dialogue meetings, and in the evaluative 

interviews they emphasised their admiration for the patient representatives’ motivation 

and perseverance. This indicates that the participants were willing to learn from each other 

regarding substantive matters. In the evaluative interviews, the involved researchers 

indicated that they had tried to act ‘like a lay person would’ and ‘approachable’ during the 

dialogue meetings, but one of the patient representatives indicated that (s)he did experience 

difficulties following the discussions due to the use of jargon and the scientific manner of 

speech. This indicates a disparity in participants’ perceptions and that learning from each 

other’s perspectives could be beneficial. 

The research team tried to encourage reflexive learning in the collaboration by promoting 

reflection on the process of the project at the end of each dialogue session by introducing 

a Dynamic Learning Agenda. This tool supports stakeholders’ learning processes by 

explicating the encountered challenges and stimulating reflective practice towards solving 

these challenges. Participants of the project team were asked to individually fill out and 

discuss plenary a table identifying: (1) the issues that were either going well or that required 

attention; (2) reasons why these issues were going well or not; and (3) underlying causes 

of the issue. In a subsequent session, the project team was asked to reflect upon how to 

continue the positive, what barriers could be expected, and how to improve upon the 

identified constraints. Participants tended to be very positive in these discussions, but 

without critically reflecting on their own underlying values and assumptions. Furthermore, 

these parts of the dialogue meetings were generally undervalued. A patient representative 

stated that a process facilitator should run the collaboration in the background without 

dwelling on the process too much. Similarly, in the evaluative interviews, one of the 

involved researchers criticised reflective practices (in which “big sheets of paper” were 

used), claiming that they did not lead to any useful progress. 
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Researcher: So far I thought most of the time we spent on the collaboration was useful. 

But as soon as we started working with these big sheets of paper, then for every MD 

some aggression will flare up. […] You want to move on, you don’t want such fuss.

Interviewer: Why does that feel like fuss to you? Such big sheets of paper? 

Researcher: Because people start chatting around the issue, they don’t get to the 

point. If you don’t take up that pen yourself, it will take even longer (Researcher during 

interview)

This researcher indicated that most of the time was spent “usefully”, i.e. on achieving 

concrete goals; however, his comment suggests that the results-oriented medical culture 

may impede the reflexivity needed to involve patients meaningfully in research decision-

making. Although the process facilitator attempted to encourage reflexive practices, this 

strategy apparently insufficiently enhanced participants’ willingness or commitment to 

mutually learn from each other on a reflexive level.

8.5 DISCUSSION 

The aim of this study is to unravel and address the systemic features influencing a 

meaningful and sustainable collaboration between researchers and patients in decision-

making at an academic hospital. Although such patient/health researcher collaborations 

have been studied regularly as relatively isolated initiatives (e.g. Abma et al., 2009; Howe 

et al., 2017; Lindenmeyer et al., 2007; Marston & Renedo, 2013), we argue that a system’s 

perspective is insightful. It addresses the lack of knowledge regarding a structural approach 

to sustaining patient involvement in research on an organisational level (Jinks et al., 2016). 

First, unravelling the systemic features influencing this project enables us to interpret our 

findings beyond contingencies. Second, we aimed to guide the process of change based 

on the identification of these impeding and supporting features. A patient involvement 

guide was produced to enhance the meaningfulness and sustainability of the collaboration 

and participants’ interactive reflexivity. 

Systemic features influencing the collaboration 

Despite the motivation amongst the participants in the project team and the attention paid 

to its sustainability during the project, this collaboration remained relatively isolated in the 

departmental context and hardly any follow-up activities took place after the project ended. 

The participants’ motivations in the project indicate that the value of patient involvement 

in research decision-making was acknowledged by the project team, which has been 

identified as a prerequisite towards meaningful patient involvement (Caron-Flinterman, 

2005; Pittens, Elberse, Visse, Abma, & Broerse, 2014). However, the collaboration also 

illustrates that the participants expected patient representatives to adjust themselves to 

the prevalent language and social norms in research decision-making, rather than a mutual 

learning process taking place. This is in line with research by Boaz, Biri, and Mckevitt (2016), 

Thompson et al. (2009) and Ward et al. (2010). Therefore we question whether a cultural 
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shift towards appreciating patient involvement in collaborations has truly taken place; even 

if the patients’ perspectives are valued verbally, this does not automatically translate to a 

(sufficient) change in participants’ actions to include patients meaningfully. 

The results reveal that the project led to relatively little institutionalisation of patient 

involvement in research decision-making at the department. Several barriers relating to 

culture, structure and practice could be identified described in Table 8.1. For example, a 

sense of ownership of the collaboration and a strong proponent were lacking within the 

organisation. This was demonstrated by the difficulties encountered when appointing a 

process facilitator after the termination of the project, and the resistance to the transferral 

of the ownership during a subsequent follow-up implementation project. Allocating a 

sufficient budget to appoint a process facilitator at the hosting institution is one of the 

requirements for such ownership. The importance of a change agent—a proactive 

participant who follows up on the activities and aims to improve the collaboration— has 

been described by Elberse (2012) and Pittens et al. (2014) (see Table 8.1). Moreover, the 

collaboration was not incorporated into the daily routines of the involved researchers (Brett 

et al., 2014). The lack of a change agent from the start of the collaboration and the 

unfamiliarity of the stakeholders with the daily impact of patient involvement on their 

working routine were possibly due to the fact that the project started from scratch, rather 

than furthering an existing collaboration. In this respect, this collaboration differed from 

the case study described in Chapter 7, in which the funding agency had already started 

experimenting with patient involvement on a small scale. This emphasises the importance 

of mapping out the starting situation and incorporating this information into the efforts to 

institutionalise the collaboration. 

Outside of the sphere of influence of the collaboration, we observed that the current 

funding system of (bio)medical research impedes meaningful involvement of patients. 

Interestingly, research funding agencies such as the Patient-Centred Outcomes Research 

Institute in the USA and the Dutch Cancer Society are increasingly supportive of patient 

and public involvement in health research conduct (respectively Frank et al., (2015) and 

Chapter 7 of this thesis). This implies that research funding agencies becoming more lenient 

towards adjustments in the research execution phase and this might be a useful next step 

towards the implementation of the contributions of patient representatives. 

Last, we identified a results-oriented medical culture amongst the involved researchers. 

We argue that this cultural aspect impedes mutual learning on a reflexive level. Reflexivity 

is needed to involve patients meaningfully in research decision-making, as it explicates the 

shared and opposing underlying values and assumptions of participants. The reflection that 

did take place during this collaboration was mostly first-order reflection (Grin & van der 

Graaf, 1996). It was focused on defining concrete problems that limit the sustainability of 

the collaboration (for example, lack of an individual who guides the process in the 

background), seeking concrete solutions (appointing a process facilitator), and weighing 
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the solution that can solve the problem at stake against its effectiveness and side effects 

(organisational and budgetary consequences). Underlying values and assumptions largely 

remained implicit, as participants were not willing to discuss these issues and the research 

team was not able to convince them of the need for such second-order reflection. 

Overcoming systemic features

In this study we aimed to enhance the sustainable embedding of patient involvement by 

overcoming the identified systemic barriers. Rather than opposing the results-oriented 

medical culture, the first part of the strategy was to align with this systemic feature. In 

other words, we utilised this feature by encouraging the participants to set concrete and 

feasible goals within the collaboration. We argue that this part of the strategy was relatively 

successful. By jointly discussing and prioritising the departmental research agenda, 

concrete contributions made by the patient representatives could be readily identified, 

which further motivated the project team. Although the organisational context and barriers 

related to the collaboration were discussed in the dialogue meetings (following the example 

of Metze, Schuitmaker, Bitsch, & Broerse, 2017), the underlying systemic barriers were 

insufficiently addressed. The second part of this strategy, the attempts to stimulate 

interactive reflexivity regarding these barriers through the introduction of a Dynamic 

Learning Agenda (van Mierlo et al., 2010; van Veen, de Wildt-Liesveld, Bunders, & Regeer, 

2014), encountered opposition from the project team precisely because it did not align 

with this results-oriented medical culture. Therefore, we argue that the strategy to enable 

the project team to “reframe [these discursive barriers], and develop alternative ways to 

cope with them” through interactive reflexivity (Metze et al., 2017, p. 2) was insufficiently 

effective to sustain and strengthen the collaboration beyond the boundaries of the project.

Therefore, additional efforts are needed to more effectively overcome the identified 

systemic barriers encountered when involving patients in health research decision-making. 

First, to enhance mutual understanding of the participants’ argumentations, they need to 

reflect on underlying values and assumptions. Participants need to be stimulated not only 

to reflect on the contextual barriers limiting the sustainability of the collaboration but also 

to actively overcome these barriers. This is in line with the observations made by Metze 

et al. (2017) in the context of water management. In future projects, the timing and setting 

of these sessions can be improved; during the project the reflexive sessions were planned 

at the end of each dialogue meeting, directly following the substantive issues in order to 

make optimal use of participants’ impressions during the collaboration and minimise the 

burden on their agendas. This left limited time for second-order frame reflection. Second, 

long-term budgetary and organisational capacity is needed to support a change agent who 

can help the project team to overcome the systemic barriers. Organisational embedding, 

preferably by appointing a neutral process facilitator, is important. (S)he can invite 

participants on the project team to share second-order reflections regarding the 

collaboration, as well as accomplishing the structural adjustments required at the 

organisational level. 
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Third, lasting organisational flexibility is required in order to meaningfully and sustainably 

involve patients. Introducing the patient perspective at the research decision-making table 

requires not only organisational support for structural adjustments; it also calls for flexibility 

in order to adjust established procedures when the situation calls for it. The four elements 

that Howe, Macdonald, Barrett, and Little (2006) describe as an organisational infrastructure 

required for sustained patient involvement are: (1) commitment to financing the 

collaboration, (2) making involvement a priority at multiple organisational levels, (3) the 

continued presence of external incentives, and (4) continued meeting of expectations of 

all participants in the project team regarding the collaboration. We add to these the element 

of institutionalised organisational flexibility. This applies to collaboration methods (Abma & 

Broerse, 2010), funding structures (Cornwall & Jewkes, 1995), and organisational routines 

(Nigam, Huising, & Golden, 2016). The rigidity of the health research funding system 

impedes such institutionalised organisational flexibility: research-funding agencies currently 

allow for little flexibility in research to implement the contributions of patient representatives. 

Therefore, these agencies should extend their growing support for patient involvement in 

research decision-making beyond their organisations to the research field they finance. 

Enhancing interactive reflexivity by attending to four ‘involvement pillars’

The insights gained in the project, in conjunction with literature about meaningful and 

sustainable collaborations between patients and researchers, provided practical suggestions 

to strengthen the encountered facilitators and to overcome the identified systemic barriers. 

To disseminate the lessons learnt the research team translated these into four so-called 

‘involvement pillars’ – issues that need more attention to support the future development 

and embedding of patient involvement in research practices. These are that (1) motivation 

and commitment are important facilitators; (2) alignment with the results-oriented culture 

fosters facilitation; (3) embedding of the process in the organisation is needed to sustain 

the collaboration; and (4) participants’ ability and readiness to reflect on the process is 

imperative to the success of the collaboration (see Box 8.1). Subsequently these 

involvement pillars were operationalised using twenty building blocks and five outcome 

measures and published in a patient involvement guide. The guide is specifically aimed 

towards the enhancement of the transformative capabilities of a change agent within the 

organisation, who feels responsibility for setting up, developing and sustaining the 

collaboration. It aims to support participants in second-order reflection and has been 

distributed to research funding institutes and academic hospitals in the Netherlands 

(Schölvinck, Petit-Steeghs, Smit, Schuitmaker, & Broerse, 2017). The release of the guide 

attracted attention in the Dutch health research system (e.g. requests for over 500 guides 

by academic hospitals), indicating that there is a need for support on how to involve patients 

meaningfully and sustainably in health research decision-making processes.

Methodological considerations 

In this study, collaboration between patient representatives and researchers was studied 

in depth, using the research approach RMA. This provided the researchers with the 
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opportunity to gain insight into participants’ expectations, interactions and experiences 

regarding the collaboration, and to examine the dynamics between the actors and the 

system in which they operate. As part of the action-oriented nature of the approach, the 

process facilitator actively contributed to interventions needed in the project. This intensive 

involvement enabled the process facilitator to transform observations directly into 

recommendations, which could be implemented promptly. For example, when the necessity 

of a sustainable process facilitator became apparent, a profile description was collectively 

established in which his/her role, responsibilities and competences were described. 

The closeness of the process facilitator to the project proved a challenge at times; when 

the evaluation of the collaboration was not entirely positive, an intervention could conflict 

with the neutral position of the process facilitator. For example, when a researcher 

requested a letter of support from patient representatives for a proposal they had not been 

involved in, the process facilitator had to decide whether to intervene or not. In this case, 

the process facilitator chose not to disturb the mutual fragile trust between herself and 

the participants in the project team, and she monitored the situation from a distance. To 

limit the researchers’ biases in such situations, data sources were triangulated and an 

additional researcher was present during all (in)formal meetings. The research team also 

reflected weekly on such issues to make an informed decision. 

This project had a relatively short duration, lasting twelve months (with a seven-month 

follow-up evaluation). Therefore the goal of the project was to initiate a sustainable and 

meaningful patient/health researcher collaboration, rather than expect a profound impact 

on the deeply-engrained organisational culture, structure and practice of the organisation. 

Even when prolonging the collaboration with a follow-up implementation plan lasting two 

Box 8.1. Involvement pillars

• Motivation and commitment amongst the project team is an important facilitator for a successful 
collaboration. As patient involvement requires time and effort from all involved participants, it is 
recommended to encourage participants’ motivations. For example, aiming for concrete results within a 
relatively short timeframe (‘picking low-hanging fruit’) can be instrumental. Furthermore, adequate 
assessment of everyone’s expectations regarding the collaboration is crucial, especially when there has 
been no prior experience with patient involvement. 

• Aligning with the medical, results-oriented culture supports participants’ motivations: setting concrete 
and feasible goals keeps the project team motivated, especially as healthcare professionals are used to 
looking for concrete solutions to problems. Meanwhile, participants in a project team should also be 
encouraged to interactively reflect on each other’s perspectives (which does not align with this results-
oriented culture) in order to overcome the systemic barriers impeding the embedding of patient 
involvement. 

• Embedding the process in the organisation is needed in order to sustain the collaboration. Flexibility and 
(financial) resources are needed to adjust structures and protocols. Similarly, the involved patient 
organisation needs to guarantee its commitment to sustainable contribution to the collaboration. 

• All participants’ ability and readiness to reflect on the process is imperative to the success of the 
collaboration. In addition to a learning process about substantive matters (regarding various participants’ 
inputs), the reflexivity of participants with regards to the process increases their awareness of each other’s 
perspectives. This enriches the dialogue between researchers and patient representatives. 
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years, the goal of institutionally embedding the collaboration can still be considered 

ambitious. However, in this study we have seen that by explicating participants’ expectations 

and closely monitoring their interactions within the collaboration, the systemic barriers 

affecting the meaningfulness and sustainability of the collaboration can be unravelled and 

be (partially) overcome. This illustrates that even relatively small-scaled projects can 

contribute to a larger systemic innovation. 

8.6 CONCLUSION 

Involving patients meaningfully and sustainably in research decision-making at academic 

hospitals requires a change in participants’ perceptions and way of thinking (culture), the 

organisation of research (structure) and working routines (practice). We studied how 

systemic features influence collaboration between patients and researchers, and how 

participants can interactively reflect upon the collaboration in order to overcome these 

systemic features. We conclude that participants’ motivations were boosted by the 

concrete agenda-setting results yielded during the collaboration, but this was insufficient 

to institutionalise patient involvement in research decision-making within the department. 

The lack of embedding was partially due to barriers such as difficulty in fostering ownership 

of the collaboration. Furthermore, the collaboration was insufficiently incorporated into the 

daily routines of the involved researchers, and participants did not consider the collaboration 

to be a learning experience on a reflexive level. Outside the sphere of influence of this 

project, the rigidity of the medical research financing system limits the flexibility required 

to meaningfully involve patients in research decision-making. To enhance the sustainability 

of meaningful patient involvement, the following elements are required: (1) second-order 

reflexivity building upon an action-oriented stance held by the participants in order to 

overcome the systemic barriers encountered during collaboration; (2) a sense of ownership 

within the organisation, providing sufficient organisational and financial support to guide 

the required structural adjustments; and (3) lasting organisational flexibility to sustainably 

and effectively implement the results of the collaboration.

8.7 ANNEX

Table 8.3. Observation scheme to structure participant observations regarding 

meaningfulness and sustainability during dialogue meetings. This framework was based 

on meaningfulness of patient involvement in research decision-making as evaluated by 

Caron-Flinterman (2005) and the systemic factors discerned by Elberse (2012) and Pittens, 

Elberse, Visse, Abma, & Broerse (2014).
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Table 8.3. Observation scheme to structure participant observations regarding meaningfulness and sustainability 
during dialogue meetings.

P
ro

ce
ss

 m
ea

su
re

s

Stakeholder 
representation
(patients, researchers)

Adequate representation
of stakeholders

Number and ratio of stakeholders present 

Balance in knowledge and power between stakeholders

Diversity of stakeholders In level of education, ethnicity, age, treatment

Attitude of stakeholders 
Presence of change agents, sense of urgency

Existing (informal) relations or tensions 

Process structure

Transparency Objectives, roles, decision-making structure 

Feasibility of collaboration
Availability of time, manpower, financial resources, physical 
burden, logistics

Feasibility to implement 
decisions

Availability of resources to implement decisions 

Flexibility in structure and procedures of organisation 

Process management

Independent and unbiased 
management, equal 
treatment of participants

Seating plan of meeting

Adequate timing of collaboration (for results to be implemented) 

Amount of input (how often, how much)

Giving the floor to participants 

Facilitation of mutual respect, 
openness and constructive 
interaction

Willingness to cooperate and openness to each other’s perspectives

Verbal and non-verbal demeanour of facilitator

O
u

tc
o

m
e 

m
ea

su
re

s Direct

Content input of patients

Topics suggested by patient 

Topics for which input of patients is requested

Quality input of patients Uniqueness, based on experiential knowledge

Integration input of patients
Extent to which input is integrated into discussion, ownership of 
the collaboration 

Satisfaction with process Reactions of participants

Indirect
Learning processes of 
participants and organisation

Achieved (mutual) learning on substantive matters

Achieved learning on procedural matters

Achieved (mutual) learning on reflective matters
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9. DISCUSSION 

The central aim of this thesis was to analyse and enhance meaningful and sustainable 

patient involvement in health research decision-making. This aim was divided into two 

main research questions: 

1. How can patients be meaningfully involved in health research decision-making? 

2. How can the sustainability of patient involvement in health research decision-making be 

enhanced? 

The research questions were addressed in four case studies. In this chapter, findings 

concerning the two research questions and the theoretical implications of these findings 

are discussed. Next, the employed research methodologies and the validity of the findings 

are reviewed. Finally, future research needs and opportunities are considered. 

9.1 MEANINGFUL PATIENT INVOLVEMENT IN HEALTH RESEARCH 
DECISION-MAKING

The meaningfulness of patient involvement is a central concept in all cases studied in this 

thesis. The patients’ contributions have been investigated in various contexts in research 

agenda-setting, with direct collaborations with researchers and within the proposal appraisal 

process. Following the evaluative framework presented in §2.2 and the process grounding 

principles described by Broerse, Elberse, et al. (2010) we analysed meaningful patient 

involvement based on the operationalisation in terms of process and outcome objectives: 

stakeholder representation, supporting process structure, supporting process management, 

and tangible direct and indirect outcomes.

Stakeholder representation

To adequately voice the patients’ perspective, we observed that patients need to become 

aware of and be able to articulate their implicit experiential knowledge, as has also been 

described by Abma and Broerse (2010) and Pittens (2013). Case studies 1 and 2 demonstrate 

particularly well that the articulation of experiential knowledge of a diverse group of patients 

is key to developing meaningful involvement in research agenda setting. This corroborates 

earlier work by Caron-Flinterman et al. (2005) and Laird (1993), who have emphasised the 

importance of an equal and diverse representation of members of the patient community. 

In case studies 1 and 2 we explored what research topics patients can contribute to health 

research agenda setting, based on the problems and worries encountered in daily life. A 

diverse group of patients (in terms of demographic characteristics, the aetiology of their 

condition, and the phase of their disease) articulated their knowledge in plenary focus group 

discussions and individual interviews. This resulted in two robust research agendas 

established from patients’ perspectives. Similarly, in case study 4, the iterative consultation 

of patient representatives amongst their grass-root support helped the representatives to 
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formulate research topics from patients’ perspectives; again, this process was aimed 

towards enhancing the articulation of experiential knowledge. 

Several scholars allege that in order to represent themselves meaningfully, patients need 

to be empowered in articulating their experiential knowledge (Ocloo & Matthews, 2016; 

Robinson et al., 2012; Supple et al., 2015). By changing the balance of power and promoting 

a more equal dialogue between stakeholders, the ‘vicious cycle’ of uncertainty regarding 

patient representatives’ mandates –suboptimal involvement, predictable and disappointing 

results and tokenism– can be broken (Ocloo & Matthews, 2016). In achieving such 

empowerment, patient representatives need to be supported. Based on case study 3, in 

which new patient reviewers received training modules on the scientific research process 

and their expected role, we agree with this need for support. However, we plea for some 

restraint with regards to the extensive training of patients and the provision of information 

regarding (biomedical) scientific knowledge. Although patient representatives may welcome 

such support, as was also illustrated by Elberse (2012), unintentional side-effects may 

include the drifting apart of patient representatives from their grass-root support and the 

exclusion of less confident patient representatives. The latter effect was observed in case 

study 4, in which patient representatives with more knowledge of the research process 

had a clear advantage over the less articulate colleagues. Rather than ‘professionalising’ 

these patient representatives by providing biomedical scientific knowledge and training, 

we aimed to support them in confidently articulating their perspective. Furthermore, we 

argue that the process of empowerment goes both ways, in that articulating knowledge 

also contributes to empowerment. In case study 2, for example, the developed research 

agenda helped to empower the involved patient organisations in their discussions with the 

ophthalmological research field. 

In light of the strategy to support patient representatives to articulate their perspective, 

we fully acknowledge the importance of dialogue sessions, both between patient 

representatives and their grass-root support, as well as between patient representatives 

and other stakeholders. Such meetings require neutral yet active facilitation skills to 

combine all stakeholders’ contributions (Elberse et al., 2011). Dialogue sessions took place 

in all case studies. When both stakeholders were invited in balanced numbers to these 

meetings, the dialogue flourished, participants appreciated each other’s perspectives and 

patient representatives felt empowered in their position. In case study 3, however, patient 

reviewers were outnumbered by professionals at the decision-making table. This 

complicated the dialogue between patient reviewers and scientific reviewers, requiring a 

neutral process facilitator to combine all perspectives into a joint funding advice. 

Process structure

In all case studies, we observed that a neutral process facilitator is vital for supporting 

meaningful patient involvement. Most importantly, the facilitator can transparently formulate 

the objectives and scope of the patient involvement and clarify patients’ and other 
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stakeholders’ roles. In addition to corroborating the criteria that Rowe and Frewer (2000) 

have described, our findings assign a clear responsibility to the process facilitator in 

establishing this transparent process structure. Case studies 3 and 4 illustrate particularly 

well the necessity of a clear process structure –established by a neutral process facilitator– 

during meetings at which patient representatives and other stakeholders were present. For 

example, in case study 3 we observed that the chair of a review committee plays an 

important role in incorporating the contributions of patient reviewers in the grant proposal 

discussions. Similarly, in case study 4 all stakeholders considered a neutral process facilitator 

vital when formulating (together with the involved stakeholders) the goals of the patient-

researcher collaboration as well as when guiding the decision-making processes. The 

grounding principles regarding meaningful patient involvement described by Abma and 

Broerse (2010) also highlight the importance of a process facilitator to design and execute 

a transparent involvement process and to incorporate patients’ input into discussions. 

Furthermore, regarding the multidirectional communication between stakeholders, we 

noted the importance of face-to-face meetings. Throughout the various case studies, the 

value of direct interpersonal contact was frequently mentioned by involved stakeholders; 

patient representatives, in particular, indicated that meeting other stakeholders in real life 

feels different than online contact, and that their involvement benefited from forming 

personal connections. Therefore, we do not agree with the implicit suggestion by Frank 

et al. (2015) that email contact and online sharing are equally beneficial methods to 

encourage the meaningful involvement of patients. However, innovative methods of online-

contact and information sharing might be of added value for patient representatives in 

contacting their grass-roots support (Kenny, 2005). 

Additionally, we noted that the organisational context in which the case studies took place 

influenced the meaningfulness of patient involvement in the decision-making processes. 

For example, in case study 3 the bureaucratic nature of the funding agency (Westrum, 2004) 

reinforced the emphasis on the adjustment of decision-making procedures to involve 

patients meaningfully. In case study 2 the organisational context of the divided patient 

community –resulting in a complex fragmented social landscape of patient representation– 

also influenced the research agenda-setting process (as is elaborately described in Chapter 

6). Furthermore, employing an emergent, participatory research design –in which the 

initiators of the case studies were involved in the design stage of the research– encouraged 

the early and direct involvement of patient representatives in the decision-making processes. 

Process management

Neutral and independent process facilitation with the goal of nurturing an atmosphere of 

mutual respect, trust, openness and constructive interaction can be considered a key aspect 

of the meaningfulness of patient involvement in health research decision-making. We argue 

that this facilitation should take the affective relationships between stakeholders more 

explicitly into account. 
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We aimed to facilitate the meaningful involvement of patients (or patient representatives) 

in all case studies by providing ample opportunity to constructively interact with each other 

on the basis of mutual trust and respect between the involved stakeholders. As the 

accessibility of each case study for an action-oriented, in-depth investigation was formulated 

as a case study selection criterion (see §3.3), the executing researcher had the opportunity 

to act as both a neutral facilitator –creating these conditions– and as an independent 

observer to evaluate the research findings. Case study 2 received additional retrospective 

attention regarding process management; our analysis revealed a need to enrich patient 

involvement methodologies using affective conflict management strategies when a divided 

patient community is involved. Based on our findings, we conclude that the affective 

relationships between stakeholders, their effect on the meaningfulness of patient 

involvement initiatives and strategies to improve these relationships have received relatively 

little attention in patient involvement literature. 

In contrast to findings by Supple et al. (2015), our cases studies showed that not all patient 

representatives (nor other stakeholders) felt the need to reflect and provide feedback on 

the process of patient involvement. This lack of enthusiasm for second-order reflectivity 

(Grin & van der Graaf, 1996) was particularly evident in case study 4; although the 

stakeholders were motivated to contribute to the patient-researcher collaboration, they 

preferred to focus on the content-defined goals of the collaboration rather than explicitly 

reflect upon the underlying assumptions of and perceptions on patient involvement. 

Direct outcomes

The aim of reaching consensus between stakeholders contributes to the formation and 

maintenance of a long-term partnership between all stakeholders. Reaching such mutual 

agreement was therefore prominent throughout all case studies. However, the extent to 

which patients’ perspectives were incorporated in the decisions taken and the chances of 

implementation of these decisions varied between the case studies. The importance of a 

dialogue in reaching consensus was emphasised throughout this study, especially when 

aiming to form and maintain long-term partnerships between stakeholders (Frank et al., 

2015). For example, in case study 4 reaching consensus amongst the stakeholders was 

addressed frequently throughout the study and much emphasis was placed on the 

sustainability of the patient-researcher collaboration. In case studies 1 and 2, dialogue 

sessions were also organised with other stakeholders to discuss the results of the research 

agenda-setting process. However, the prime focus of these case studies was to articulate 

the patients’ perspectives separately from other stakeholders’ input. This illustrates that 

knowledge articulation can be either an integral part of the dialogue, or it can be stimulated 

before a dialogue is organised (Pittens, 2013). 

The extent to which patients’ input was reflected in decisions (and the practicality and 

chances of implementation of the collaborative effort), however, varied between the case 

studies. For example, in case studies 1 and 2, patients’ perspectives were evidently 
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reflected in the resulting research agenda. However, the implementation of these research 

agendas in the research field required additional efforts beyond the scope of these studies; 

articulating experiential knowledge is indeed just one step of the knowledge co-production 

process as described by Pittens (2013). In case study 3, on the other hand, the input of 

the patient reviewers had little quantifiable impact on the funding decisions made by the 

research-funding agency. However, the research methodology RMA enabled us to convert 

this insight into recommendations to be applied on the very short term. As a result, the 

evaluation forms of patient reviewers were adjusted during the study to improve the 

substantiation of their assessments. This adjustment contributed to their meaningful 

contribution and heightened the appreciation of their assessments by other stakeholders. 

Indirect outcomes

All case studies provided opportunities for mutual learning regarding substantive matters. 

On the procedural and reflective level, mutual learning took place to a lesser extent. We 

also observed that the development of mutual trust between stakeholders was especially 

encouraged when stakeholders directly interacted with each other. Case studies 1 and 2 

focused mainly on the mutual learning process between stakeholders at the substantive 

level; the daily needs and research wishes of the patient community were explicated and 

discussed with other stakeholders during dialogue sessions. As added benefit, this may 

have prompted learning on the procedural and reflective level amongst participants, as 

they realised the added value of articulating the patients’ perspectives. In contrast, when 

patients and researchers directly interacted with each other over a sustained period of time 

(as was the case in case study 4), they were able to learn from each other on a reflective 

level. This reflection was mostly typified as first-order (Grin & van der Graaf, 1996), focusing 

on defining problems, seeking solutions, and weighing the solution and its effectiveness 

against the side effects. Second-order reflection, which enhances the mutual understanding 

of participants’ argumentations and their underlying values and assumptions, took place 

only to a limited extent. Although we found few indications that this issue directly affected 

the meaningfulness of patients’ involvement, it is highly relevant for the sustainability of 

the case study and is therefore discussed in more detail in section §9.2 and §9.4.

Patients and researchers mutually developed trust when they interacted directly with each 

other (see case study 4), as has been described in literature (Boote et al., 2002). Patient 

representatives in particular explained that listening to the other’s side of the story helped 

them to understand each other better, and motivated them to contribute to the collaboration. 

Similarly in case study 3, the presence of patient reviewers at the proposal assessment 

meetings gave the patients’ perspective a face, which increased mutual trust between the 

stakeholders. 
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9.2 THE NEED FOR A SYSTEM INNOVATION TO SUSTAINABLY 
INVOLVE PATIENTS IN HEALTH RESEARCH DECISION-MAKING

The second research question of this thesis focused on how to enhance the sustainability 

of meaningful patient involvement. The positivistic, monodisciplinary and interventionist 

characteristics of the health research system (as described in §2.1) impedes meaningful 

and sustainable patient involvement in health research decision-making, implying that a 

system innovation is required to make patient involvement a common practice. In this 

thesis, several initiatives involving patients and/or their representatives were facilitated 

and reflexively monitored. None of the cases could be considered standard practice within 

their organisational context. A number of systemic features could be discerned which 

influenced these initiatives; thus, the case studies that took place at an organisational level 

could provide information about what changes in structure, culture and practice are required 

in the current regime in order to sustainably involve patients in the health research decision-

making system.

Adjustment of positivistic paradigm 

We argue that the prevalent positivistic paradigm underlying most health research, in which 

patient expertise is little appreciated (Rosner, 2012), impedes the sustainability of 

meaningful patient involvement. To embed patient involvement axiomatically in research 

decision-making processes, the definition of evidence in EBM needs to be broadened (as 

has been argued by Misak, 2010; Paley, 2006; Rycroft-Malone et al., 2004) to include such 

experiences. Such a change in medical research culture and structure will manifest itself 

in new research practices. 

First, we observed that most stakeholders in the case studies expressed that they were, 

in principle, supportive of patient involvement. Despite this enthusiasm on the surface, 

however, patients’ perspectives retained their low position in the evidence hierarchy within 

research. It was not considered a regular component of the research process. In case study 

4 for example, researchers’ motivations to involve patients in the research decision-making 

process was primarily based on the expectation that patient representatives could make 

additional, novel contributions; patient involvement was considered a means to more 

relevant science. This conversely implies that if patient involvement had not yielded any 

concrete, direct outcomes in the case study, researchers’ motivation to involve patients 

(or patient representatives) would have waned. The researchers’ position illustrates the 

lack of embedding of patient involvement in research. Patients’ contributions were 

considered valuable only when researchers welcomed them as such rather than being an 

axiomatic component of the knowledge production process. 

We argue therefore that although most stakeholders in the case studies avow patient 

involvement, a more deep-seated change in the research system’s culture is needed. 

Furthermore, not all involved stakeholders are aware that this change has not yet fully 

taken place. In order to embed patient involvement in the culture of the health research 
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system, participants must reflect on their underlying perceptions and assumptions (Grin 

& van der Graaf, 1996); strategies to increase this reflectivity are outlined in §9.4. 

Second, the consultation of patients aims to provide in-depth knowledge regarding the full 

range of their experiences or perspectives (Abma & Broerse, 2010). Therefore, maximising 

diversity and achieving data saturation through purposeful sampling is important to increase 

the external validity of the research (Malterud, 2001). However, this strategy is incompatible 

with the issue of generalisation, one of the positivistic cornerstones of EBM (Charlton, 

1996). In case study 2, stakeholders criticised the methodology because of the focus on 

diversity at the expense of statistical representativeness. The value of extensive and in-

depth accounts of the daily needs and research wishes of the entire patient community 

was discredited by an excessive emphasis on the quantitative stratification of the 

questionnaire results. Again, we observe that amongst stakeholders (in this case patient 

representatives themselves) the cultural shift regarding the values and assumptions 

underlying patient involvement has not yet fully taken place. In addition to most scientists 

adhering to the positivist paradigm, so do many patients. This implies that more reflection 

on these issues is required, as further discussed in §9.4. 

Third, in practice, involving patients in a meaningful and sustainable way in research 

decision-making requires researchers to adjust their scientific discourse. However, few 

researchers are willing or able to reflect on the scientific etiquette that excludes patient 

involvement (Boaz et al., 2016; Thompson et al., 2009; Ward et al., 2010). Ward et al. 

describes how “the idea of increasing ‘research literacy’ was suggested by some 

[researchers] as a way of helping consumers to develop a ‘better’ understanding of the 

research process, and to engage in a meaningful and empowered relationship with 

researchers” (2010, p. 77). Similar findings were observed in case study 4, in which patients 

were expected (and inclined) to adjust themselves to the prevalent language and social 

norms in research decision-making, rather than a mutual learning process taking place. A 

similar issue was explicitly addressed in case study 3, as the presence of patient reviewers 

during grant proposal assessment meetings required a certain amount of habituation from 

all stakeholders. In order to encourage a dialogue between the scientific reviewers and 

the patient reviewers, the chair of the review committee can reinforce the patient reviewers’ 

position by providing sufficient time to engage in a meaningful dialogue as well as giving 

the floor to the patient reviewers explicitly. This demonstrates how culture (regarding the 

scientific paradigm) influences etiquette (regarding discourse), thus playing out in practice, 

and how both culture and practice need to change in order to involve patients meaningfully 

in decision-making processes. 

To address the features within EBM, which impede the sustainability of patient involvement, 

we attempted to increase stakeholders’ second-order reflections regarding their underlying 

values and assumptions (Grin & van der Graaf, 1996). The subsequent reluctance amongst 

researchers to reflect on these issues was observed in case studies 3 and 4, and has also 
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been described by Beresford (2003). In both case studies, we observed the pressure on, 

and inclination of, patient representatives to adjust to the scientific dialogue rather than 

stakeholders being encouraged toward mutual learning processes to take place regarding 

reflexive matters. Our attempts to address this issue are described in more detail in §9.4. 

Reconfiguration of research infrastructure 

In addition to the adjustment of features in culture within EBM which impede patient 

involvement, we also argue that the health research infrastructure needs to be configured 

in structure and practice to allow for the meaningful and sustainable involvement of patients 

in health research decision-making. This entails the adjustment of daily working routines 

to involve patients in decision-making, the allocation of budgetary and organisational 

resources to organise meaningful and sustainable patient involvement, and the 

responsiveness of the health research funding system to patients’ perspectives.

Frequently encountered barriers in structure and practice related to the involvement of 

patients in health research decision-making are often related to logistics, such as the extra 

time, labour and money it requires (Domecq et al., 2014; McLaughlin, 2006). Shah and 

Robinson (2007) also discuss stringent regulatory checks and ethical approvals limiting 

patient involvement in medical device technology development and evaluation. Additionally, 

Elberse (2012) has discussed a lack of negative consequences when a collaboration ceases 

to exist, as well as ambiguity about who is responsible for the supervision and training of 

the patient representatives. Indeed, incorporation of patient involvement activities into the 

daily routines of involved researchers proved problematic. In case study 4, the collaboration 

was experienced as an additional burden to their normal workload, rather than the 

adjustment of daily routines. This illustrates that the time and resources invested in the 

collaboration required an incentive. As the research agendas (case studies 1 and 2) were 

one-off projects initiated by patient organisations, no actual changes in stakeholders’ daily 

working routines were to be expected after they were invited to the advisory board and 

to the dialogue meeting. Only in case study 3, the bureaucratic nature of the organisation 

provided sufficiently binding altered procedures and regulations to involve patient reviewers 

by definition in the reviewing process. This demonstrates that sustained changes in 

structure can be beneficial, or even necessary, to sustainably change practice. 

Allocating budgetary and organisational resources to facilitate patient involvement through 

a neutral process facilitator also influence the adjustment of the daily working routines of 

involved stakeholders. The presence of a neutral process facilitator has been recognised 

as a guiding principle to ensure the meaningfulness of patient involvement (Abma & 

Broerse, 2010), and we recognise its additional value towards ensuring the sustainability 

of patient involvement as well. We acknowledge that appointing a process facilitator 

requires changes in health research decision-making structure, as budget allocations, rules 

and regulations need to be adjusted. The need for sense of ownership in this regard 

becomes especially apparent when comparing case study 3 and 4. At the research funding 
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agency, a team specifically dedicated to furthering patient involvement at the organisation 

(and beyond) was appointed. They were allotted sufficient budgetary and organisational 

support to embed the structural changes in the organisation to sustainably voice the 

patients’ perspective. In case study 4, however, transferring the ownership for the patient/

health researcher collaboration proved problematic. This was an important factor in the 

limited sustainability of the patient involvement project realised after one year. 

We observed that the rigidity of the health research funding system has an impeding effect 

on patient involvement. In case study 4, the responsiveness of the funding system to the 

patients’ perspective was scrutinised. Researchers indicated that to acquire funding in the 

current financing system of grant-allocated research, applicants must commit to predefined 

performance indicators. This complicates the adjustment of outcome measures or research 

set-up, limiting the flexibility that is required to involve patients meaningfully in research. 

These factors have been described in brief by Caron-Flinterman et al. (2007), but we have 

found little further exploration of this topic in the literature. Research funding agencies, 

which are increasingly supporting patient involvement, should adopt a more lenient position 

towards changes proposed during research conduct on the basis of the patients’ input. 

Structural changes in the monitoring phase of funded research (e.g. adjustment of the 

monitoring criteria) need to be accompanied by a change in culture and practice of those 

responsible for monitoring at the funding agencies (regarding the emphasis on meeting 

the predefined outcome criteria). Coupling such changes with internal changes made in 

order to involve patients in decision-making at the research-funding agency itself (which 

were addressed prominently in case study 3) would make an important contribution 

towards changing the entire health research system. 

9.3 IMPLICATIONS FOR SYSTEM INNOVATION THEORY 

We argue that the empirical findings of this thesis contribute to insights into system 

innovation theory that can be extended outside the realm of patient involvement in the 

health research system. In this section, we highlight these insights. 

Following system innovation and transition theory literature, our case studies 3 and 4 could 

be considered niche experiments. The organisations at which these case studies were 

conducted provided ‘incubation rooms’ that protected novelties from mainstream market 

selection and provided ample opportunities to experiment with a new culture, structure 

and practice regarding patient involvement. In our interpretation of niches, we accept the 

scalability of this concept (Raven, Schot, & Berkhout, 2012), as we argue the case studies 

in the organisations were nested niches. From the systemic perspective, these entire 

organisations involved were niches in the health research system, in that they experimented 

with the new culture, structure and practice regarding patient involvement. However, 

looking more closely at these organisations, a niche within the organisations could be 

discerned in which hands-on experimentation and mutual learning between stakeholders 
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took place. Case study 3 illustrates this nested niche argument, as the management of 

the research-funding agency appointed a small team of policy staff to develop patient 

involvement within the organisation. The organisation could be considered a niche in the 

health research system experimenting with patient involvement and accordingly aimed to 

change the organisational culture, structure and practice. Nested within this niche, the 

dedicated team PI operationalised this policy-vision by developing and experimenting with 

concrete strategies to involve patients. At both levels, the nested niche was influenced by 

systemic features; the culture, structure and practice of the health research field (comprised 

of researchers, other research funding agencies and patient organisations) influenced the 

development of the niche at the organisational level, and the nested niche was affected 

by both the health research field and other departments within the organisation. This 

contextualisation affected the way we conducted the nested niche experiments, as we 

recognised the possibility of differentiating between features from ‘within’ and ‘outside’ 

of the organisation. 

Based on this nested-niche argument, methodologically, we deliberately placed the case 

studies within their organisational context, deviating from common suggestions in literature. 

In the description by Geels and Schot (2007) of niche-innovations, case studies are to be 

“carried and developed by small networks of dedicated actors, often outsiders or fringe 

actors” (p.400 [emphasis added]). In line with Geels and Schot (2007), Rotmans (2005) also 

recommends to shield the case-studies off from the organisational context to experiment 

with a new culture, structure and practice, and to build an alternate regime. Although the 

importance of key stakeholders in the regime has been recognised in literature regarding 

system innovations (Smith, 2007), their function has thus far remained restricted to being 

the conceptual link between niche experiments and the dominant regime (van den Bosch, 

2010). In contrast, we actively utilised the existing context, structures and power balances 

from within the system to responsively design, execute and reflect on our case studies. 

We employed an action-oriented approach: in addition to deepening our understanding of 

the new practice in its specific context as a learning process (Rotmans & Loorbach, 2010), 

we aimed to overcome the identified systemic features in order to maintain support for the 

case study and enhance its sustainability. In case study 3 this strategy was particularly 

apparent. Following the typology of Westrum (2004) on organisational cultures, the 

organisational context could be described as bureaucratic. We utilised both the existing 

bureaucratic organisational culture and scientific proposal reviewing system in the embedding 

of patient reviewers in the proposal appraisal process to include the patients’ perspectives. 

We argue that taking this context into account strengthened the numerous structural 

adjustments achieved in this case study. Similarly, in case study 4, the involved researchers 

were figures of authority within the organisation. Also, the preliminary results of the study 

were presented at a meeting with other senior members of staff, during which the involved 

stakeholders endorsed the study. Placing the participatory practice prominently within the 

organisational context helped establish credibility, preventing it from being taken too lightly 

due to a lack of authority of the involved actors. 
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As part of our strategy to overcome the systemic features negatively affecting patient 

involvement in the health research system, we detected that there is a need to enhance 

stakeholders’ second-order reflections regarding the encountered systemic barriers. 

Interestingly however, in case study 4, the regime manifested itself through an extra 

feature: attempts to stimulate interactive reflexivity regarding the results-oriented medical 

culture encountered opposition from the participants, precisely because of this predilection 

to focus on results rather than on second-order reflection. We argue that allocating 

sustainable organisational and budgetary resources to sustainably appoint a neutral process 

facilitator is needed, as (s)he may act as a change agent supporting second-order reflection 

amongst participants. In case study 4, we observed that the temporarily appointed process 

facilitator, present for the duration of the externally financed research project, was 

insufficient to utilise this systemic feature. Our strategy to encourage second-order 

reflection in this case study is described in more detail in §9.4.

In addition to enhancing second-order reflection amongst participants, we argue that there 

is a need to overcome barriers in the current dominant research infrastructure to improve 

the responsiveness of the health research system with regards to patients’ meaningful 

involvement in decision-making. In case study 4 for example, we noted the current rigidity 

of the health research financing system, and its impeding effect on meaningful patient 

involvement. The increasingly positive outlook of research funding agencies towards patient 

involvement (as demonstrated in case study 3) can be utilised to overcome such a systemic 

feature; when monitoring the progress of funded research, agencies should adopt a more 

lenient stance towards flexibly conducted research in which the input of patients is 

meaningfully incorporated in the decisions taken. Similarly, appointing a neutral process 

facilitator in a research department may aid in institutionalising the required (organisational) 

flexibility regarding the meaningful incorporation of patients’ input in health research 

decisions. This implies that research decision-making structures and processes enacted 

by a process facilitator leave room for responsive adjustments on the basis of patients’ 

contributions. 

9.4 REFLECTION ON EMPLOYED RESEARCH APPROACHES

In this thesis, two research approaches were adopted in order to answer the research 

questions. In case studies 1 and 2, the Dialogue Model (Abma & Broerse, 2010) was 

employed. Case studies 3 and 4 were conducted using the research Reflexive Monitoring 

in Action (RMA) methodology (van Mierlo et al., 2010). Both research approaches are 

discussed in this section. The need for more insight on how to simulate (interactive) 

reflexivity amongst stakeholders is also discussed. 

Dialogue Model 

In order to involve patients in research agenda setting, a participatory research approach 

is required to explicate patients’ knowledge. The Dialogue Model complies with this 
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criterion (Abma & Broerse, 2010; Broerse, Elberse, et al., 2010). The model consists of six 

phases of which the first four were executed in case studies 1 and 2 of this thesis: (1) 

exploration, (2) consultation, (3) priority setting, and (4) agenda setting. The fifth and sixth 

phases (programming and implementation) of the model are more policy-oriented and were 

part of the patient organisations’ follow-up policy strategies. 

The Dialogue Model can be considered well established and validated regarding setting 

research agendas for and with a variety of patient communities, including heterogeneous 

ones. However, in case study 2 it was employed in a patient community that could be 

considered divided; patient representatives with different visual impairments tended to 

defend their own interests rather than unite their forces, resulting in a fragmented social 

landscape of patient representation in the Netherlands. The challenges associated with a 

divided patient community had never before been the primary object of study, and the 

responsiveness of the Dialogue Model to the challenges associated with such a community 

was unknown. 

The analysis of the research agenda-setting process in case study 2 explicated a 

presumption of the Dialogue Model that had thus far remained implicit: the clarification of 

and reflection on differences and similarities between patient communities would be 

sufficient to engender better understanding and more collaboration. It was thus assumed 

that explicating and discussing the similarities and differences in research needs between 

the patient communities could resolve affective conflicts. Indeed, by attempting to establish 

a shared research agenda, strategies used were predominantly aimed at resolving 

substantial conflict. The boundaries between the patient communities were reinforced (to 

maintain support), managed and disrupted on the basis of cognitive arguments. However, 

the strategies employed to reduce the affective conflict in this case study were insufficiently 

effective. Therefore, to achieve a shared vision more successfully, strengthening personal 

connections and mediation may be needed on top of cognitive strategies. 

Reflexive Monitoring in Action

To unravel and overcome the systemic features influencing the sustainability of patient 

involvement in health research decision-making, the emergent, action-oriented, and 

participatory research approach RMA was adopted in case studies 3 and 4 of this thesis. 

In these case studies, all involved stakeholders were required to adjust their way of thinking 

on and organising of research decision-making to involve patients and to enact these 

changes in practice. An independent observer monitored and supported these case studies, 

initiating and facilitating interventions when needed. These interventions, as part of the 

RMA approach, followed the action-learning spiral developed by Stringer (1996) and outlined 

in §3.2. Applying the action-learning spiral aided the identification of the systemic features 

influencing the case studies and helped translate these insights into recommendations, 

allowing stakeholders to apply them directly (van Mierlo et al., 2010). For example, in case 

study 3, it was noted that structural elements such as the proposal appraisal process 
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required refinement, for example, to include patient reviewers in funding advisory 

committees as a matter of course. A process scheme was co-created with relevant 

stakeholders as part of the study, after which the intervention could be evaluated 

responsively. 

The RMA approach emphasises the importance of integrating reflectivity in the process 

of change; stemming from research on sustainability transitions, it assumes that “being 

reflexive […] allows people to act more in accordance with their changing environment 

and in this way increase[s] the chances for society to become more sustainable” (Beers 

& van Mierlo, 2017, p. 417). RMA therefore promotes reflexive governance: encouraging 

actors to scrutinise and reconsider their underlying assumptions, institutional arrangements 

and practices in order to steer towards sustainability (Hendriks & Grin, 2007). 

RMA also aims to stimulate system learning, in which actors learn to (1) recognise the 

multi-causality of recurrent problems, (2) redefine external barriers in the dominant system 

into opportunities, and (3) design activities that can contribute to systemic change (van 

Mierlo, Janssen, Leenstra, & van Weeghel, 2013). Such system learning requires reflection 

upon the assumptions and perceptions underlying proposed actions. Conversely, a 

conducive learning process may stimulate the reflexivity of actors in a system innovation 

project. 

In our research (particularly in case study 4) the results-oriented medical culture prevalent 

amongst the stakeholders was found to hinder reflexivity, thereby limiting the 

institutionalisation of the patient-researcher collaboration. The reflections that did take place 

in this case study were mostly first-order (Grin & van der Graaf, 1996). It focused on defining 

concrete problems that limited the sustainability of patient involvement, seeking tangible 

solutions, and weighing the effectiveness of the solutions against possible side effects. 

However, second-order reflection regarding underlying values and assumptions of all 

stakeholders was limited as participants were not eager to discuss these issues. Therefore, 

we argue that system learning in this case study was limited, and that systemic alignment 

is needed to overcome embedded systemic features that impede meaningful patient 

involvement. 

Overcoming (by utilising) systemic features and stimulating reflectivity 

To sustainably involve patients in health research decision-making, we aimed to overcome 

the systemic features impeding such involvement by stimulating the system learning of 

involved stakeholders. We learned that the interaction of the patient involvement case 

studies with their context should be acknowledged. In order to do so, as a system 

innovation initiative is “successful only if the institutional setting of the initiative changes 

alongside the initiative itself” (Beers & van Mierlo, 2017, p. 418); that is to say, if alignment 

between context and initiative occurs through the adaptation of the dominant, incumbent 

system. In case study 4 we, therefore, aimed to align with the prevalent contextual results-

oriented medical culture to ensure the motivation of the participants by focusing on 
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concrete and tangible results in a research agenda. Indeed, the participants were 

enthusiastic about the substantive results achieved in the patient-researcher collaboration. 

Moreover, we employed the strategy conceived by Metze et al. (2017), originally developed 

in the field of water management in the Netherlands, to discuss the organisational context 

and systemic features influencing the patient-researcher collaboration during the dialogue 

meetings. As such, we aimed to reframe the discursive barriers in order to develop 

alternative ways to cope with them. However, we observed that the alignment with the 

results-oriented medical culture impeded the reflectivity of the participants; our attempts 

to interactively stimulate reflectivity encountered opposition precisely because it did not 

yield any concrete results. Using Beers and van Mierlo’s (2017) terms, we encountered a 

‘roadblock’, in which a lack of reflexivity in the contextual environment was detrimental to 

internal reflexivity, causing the initiative to revert to a more conservative disposition in order 

to survive. In response to this mechanism, we developed a patient involvement guide in 

which four patient involvement pillars were identified to encourage participant reflectivity. 

We incorporated the action-learning spiral in the application of these patient involvement 

pillars; by continuously evaluating the intended and unintended effects of the interventions, 

participants are encouraged to reflect on the underlying systemic features influencing the 

collaboration. However, as we have found few additional methodological directions in 

literature on how to both stimulate reflectivity and align with the initiative’s context, we 

plea for more research on this issue (see §9.6).

9.5 VALIDITY OF THE FINDINGS

In this section, issues regarding the validity of the research findings are discussed. 

Concerning the internal validity of the study, the opportunities and challenges of the dual 

roles of facilitator and monitor of the study played by the researcher(s) in many of the case 

studies is discussed. Strategies employed to enhance the internal validity in this study are 

also examined. Subsequently, the strengths and drawbacks of the emergent research 

design of the case studies are reflected upon. Likewise, the representativeness of the 

involved patients is discussed. The applicability of the research findings outside of the 

cancer care realm is discussed, as most of the research (except for case study 2) took 

place in the oncological research field. Finally, we reflect on the generalisability of the 

findings beyond the Dutch health research context. 

Dual role of the executing researcher 

In most of the cases in this study, the main researcher acted as both facilitator and monitor 

of the research. This set up enhanced mutual trust between the researcher and the 

participants, providing the research team with the opportunity to closely monitor the 

dynamics between the various actors in the case study and the system in which they 

operate. Simultaneously, as the facilitator of the study, the researcher could gain insight 

into recurring patterns in the study through the action-oriented, yet reflexive research 

approach; interventions were designed, executed and evaluated to distinguish systemic 
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factors influencing the study from contingencies. However, the proximity of the researcher 

to the data posed a challenge regarding the researcher’s bias in the interpretation of the 

findings. Therefore, several validity checks (outlined in §3.5) were built in, which helped 

the researcher to distance herself from the day-to-day operations and analyse the situation 

with sufficient detachment. Additionally, the manuscripts of the articles (Chapters 4-8) 

were presented to the commissioners of the research prior to submission for an additional 

member check. In case studies 2 and 3, the stakeholders addressed the sensitivity 

regarding the societal context explicitly. We acknowledged the interests of the involved 

stakeholders, and therefore strived to do justice to our mutual interpretation of the research 

findings. 

Emergent research design

The research designs employed in the case studies can be characterised as emergent and 

iterative, which has clear advantages as well as drawbacks. Preliminary research findings 

and developments in the contexts of the case studies guided the initiation and execution 

of interventions through the action-learning spiral (Stringer, 1996). A strength of this flexible 

research design was its adaptive capacity; insights were readily translated into 

recommendations, allowing stakeholders to apply them directly. This maximised the 

societal impact of the case studies, which was demonstrated by often fruitful and pleasant 

collaborations with all stakeholders. Paradoxically, this flexibility was at times perceived as 

a drawback to the effectiveness of the interventions in the long term. It required effort and 

reflexivity to distance oneself from the everyday business of the case studies and focus 

on the systemic features influencing these daily practical concerns. The executing 

researcher needed regular and explicit moments of reflection with the research team in 

order to combine the immediate needs of the involved stakeholders with the longer-term 

goals of the case studies, namely to realise meaningful and sustainable patient involvement 

in health research decision-making. 

Representativeness of involved patients

The recruitment strategies in the case studies aimed to maximise variation amongst patients 

(or patient representatives) in factors such as age, stage or severity of disease, or the amount 

of experience as patient representative. Collecting responses from young adults and people 

in the palliative phase of their disease was given priority in order to obtain a diverse range 

of insights. Despite the extra attention paid to the representativeness of the involved 

patients, an underrepresentation of patients with a low socio-economic status (SES), limited 

health literacy (LHL) and ethnic minorities can be observed in the research underlying this 

thesis. Research indicates that these patients are generally underrepresented in patient 

involvement, while their (research) needs can be different to those of people with a moderate 

to high SES (Dedding & Slager, 2013). This suggests that this is a relevant aspect to consider 

in one’s recruitment strategy. Involving patients from hard-to-reach communities in health 

research decision-making requires additional and/or creative strategies of involvement (Mir, 

2016; Smith et al., 2007). Employment of these strategies was omitted in the case studies 
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in this thesis, mainly on pragmatic grounds. Although Maguire and Britten (2017) warn of 

the danger of an overemphasis on the representativeness of involved patients –as it is 

always contestable and critique can be used to delegitimise any involvement that takes 

place in practice– this underrepresentation can be considered a limitation to the credibility 

of the research findings. The content of patients’ input in particular, as was the focus of 

case studies 1 and 2, can be scrutinised regarding this issue. Case studies 3 and 4, which 

focused more on decision-making processes and structures, have presumably been 

influenced to a lesser degree by the underrepresentation of these groups. 

Applicability of research findings outside of the cancer care realm

The case studies (with the exception of case study 2) in this thesis predominantly took 

place within the oncological research system, following the research funds allotted to this 

field of research. In addition to the large amount of resources available for oncological 

research compared to other research fields, the diversity of the research field can also be 

considered a defining characteristic. Different cancer types have divergent survival rates 

and treatment options, and oncology research ranges from fundamental science to psycho-

social support research. We argue, therefore, that our findings are also applicable outside 

the cancer care realm; research decision-making in oncology can be considered just as 

diverse as any other sector of the health research field. By conducting case studies in close 

collaboration with multiple organisations, such as a health funding agency, an academic 

hospital and various patient organisations, we aimed to enhance the external validity of 

our research. Moreover, the stakeholders involved in the case studies held varying positions 

of power in the health research system. For example, we collaborated with patient 

organisations of different sizes and with varying levels of organisation and professionalism, 

as well as with researchers in different stages of their academic career (from PhD students 

and postdocs to principal investigators and heads of their department). 

Generalisability of research findings beyond the Dutch context 

The case studies comprising this thesis all took place in the Netherlands and were thus 

embedded in a Dutch health research context. Patient advocacy is a relatively long tradition 

in the Netherlands. Its origins lie in mental healthcare (Forster, 1998; Klijnsma, 1993) and 

since the turn of the millennium patient organisations (primarily organised according to 

types of disease or illness) maintain a relatively strong advocacy position in the Dutch 

healthcare system and health research landscape. For example, patient organisations are 

supported by a dedicated, government-funded, independent organisation, which helps 

patient organisations to strengthen their strategic position as well as the management of 

their association, the professionalisation of the organisation and voicing the patients’ 

perspectives13. This tradition and the availability of extensive support schemes may 

strengthen patient organisations’ confidence, with regards to their involvement with 

healthcare professionals and researchers. 

13  PGO Support, ‘Over PGO support’, https://www.pgosupport.nl/over-pgosupport. Date last accessed: 12/02/2018 

Thesis_Anne_Floor.indb   189 15-10-18   06:37



CHAPTER 9 

190

Furthermore, the Dutch health research funding system is divided into three ‘funding 

streams’; the first funding stream, provided by the national government, is distributed 

directly to the universities and research institutes in lump sums. The amount of resources 

available through this route has declined gradually over the last decade (VSNU, 2014). The 

second stream of funding is also provided by the national government but is not as direct; 

it is distributed through competitive grant proposal selection procedures at governmental 

funding agencies. All other private research funding is collectively called the third funding 

stream. In the health research domain there are at least nineteen private, non-profit, 

disease-specific health funds with an annual collective budget of approximately 200 million 

(Horlings et al., 2015). As these health funds depend on the benevolence of Dutch society, 

accountability is an important aspect, and involving patients in their decision-making 

processes contributes to their legitimacy. 

These structures are relatively specific to the situation in The Netherlands, but they also 

overlap with international developments. The health research system is internationally 

highly interconnected, and key features of Western health research systems, such as the 

predominant EBM-paradigm, are similar. Therefore, we argue that our systemic focus on 

realising meaningful and sustainable patient involvement in health research decision-making 

is also applicable outside of The Netherlands. In the UK and the USA, particularly, abundant 

scientific and societal interest exists in patient involvement in health research decision-

making. This literature, in particular the work by INVOLVE and PCORI respectively, has 

informed this study. For example, PCORI experimented with the inclusion of patient 

reviewers in proposal appraisal (Fleurence et al., 2014), which informed the design of case 

study 3 and enabled us to compare our findings to those researched in an international 

context. Moreover, setting research agendas from the patients’ perspectives is relatively 

well-developed both in the Netherlands and the UK, and these lines of research have 

recently been compared (Schoemaker, Prakken, & van Furth, 2017). The authors allege 

that both the British Priority Setting Partnerships (PSPs) and the Dutch Dialogue Model 

have specific advantages and drawbacks; for example, where in PSPs research questions 

from the patient population are filtered (by whether they already have been answered 

scientifically), in the Dialogue Model not only patients’ research needs, but also their 

everyday problems and worries are explicated, thereby contextualising the findings. 

Despite abundant research on and evaluation of one-off initiatives involving patients in 

health research decision-making in both the UK and the USA, we note that an overarching 

framework that considers systemic features that influence the sustainability of patient 

involvement has received relatively little scholarly attention in both countries (Marlett, 

Shklarov, Marshall, Santana, & Wasylak, 2015; Rose, 2014). Research by Howe et al. (2006) 

on the adjustments required in UK-based research infrastructure to sustainably involve 

patients is a notable exception to this observation. The relatively top-down and centralised 

organisation of patient involvement in health research in these countries possibly limits 

the need for such bottom-up scrutiny. However, considering the systemic features that 
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also pervade health research in these countries –such as the positivistic research paradigm 

and its relative incompatibility with the underlying principles and assumptions of meaningful 

patient involvement– we argue that the findings presented in this thesis might also benefit 

researchers and policymakers in the UK and the USA. 

9.6 SUGGESTIONS FOR FUTURE RESEARCH 

The case studies presented in this thesis have yielded insights into the realisation of 

meaningful and sustainable patient involvement in health research decision-making as well 

as provided a number of suggestions for future research aimed at scaling up meaningful 

patient involvement.

As was discussed in §9.4, reflexivity is essential to the realisation of meaningful and 

sustainable patient involvement in health research decision-making. In order to adapt one’s 

way of thinking and organising research decision-making to involve patients, as well as 

enact these changes in practice, stakeholders’ full appreciations of the shared and opposing 

underlying values and assumptions is required. Such reflectivity also stimulates system 

learning by the involved stakeholders, required to redefine barriers into opportunities or to 

design activities that contribute to systemic change. However, case study 4 revealed a 

methodological paradox regarding this issue. While alignment with contextual factors is 

presumed to enhance the success of system-innovative initiatives, one of the systemic 

features of the health research system –the results-oriented medical culture– impedes the 

willingness and ability of participants’ reflectivity. This limits participant system learning 

and therefore the systemic features impeding the meaningful and sustainable involvement 

of patients perpetuate and proliferate. We argue that more insight is needed into effective 

strategies to improve mutual reflexive learning amongst participants in order to sustain 

patient involvement. 

To address this issue, there is a need to (further) combine our action-oriented research 

approach with academic insights on system innovation regarding patient involvement in 

health research decision-making. A first attempt at such integration was explicitly addressed 

in case study 4, but the efforts made in this case study proved insufficient to fully realise 

the goal of meaningful and sustainable patient involvement. Therefore, a patient involvement 

guide was developed to provide change agents within (academic) hospitals with a concrete 

set of tools conceived to interactively reflect on and overcome the problematic systemic 

features encountered when involving patients in decision-making processes. The popularity 

of this guide illustrates the need for effective strategies to overcome systemic features, 

further unravelling these features and creating sustainable and meaningful patient 

involvement practices. Developing a training module to accompany the patient involvement 

guide and evaluating the effectiveness of such a toolbox when attempting to enhance 

participants’ reflectivity and inducing structural change could be a useful starting point in 

this endeavour. 

Thesis_Anne_Floor.indb   191 15-10-18   06:37



CHAPTER 9 

192

In addition to such a relatively small-scale niche experiment, it may also be beneficial to 

establish a network approach with the aim of connecting and scaling up the many isolated 

patient involvement initiatives currently taking place in health research decision-making. 

In this thesis, the system innovation required to involve patients meaningfully and 

sustainably in health research decision-making has been examined from various angles: 

the systemic features influencing several patient organisations, a research-funding agency 

and an academic hospital have been studied in-depth but in relative isolation from each 

other. Although we have attempted to link insights from the various case studies both 

during the conduct of the research as well as conceptually, a more integrated network 

approach in which stakeholders from different areas and with different viewpoints regularly 

meet may aid in taking the next step. The goal of such a network could be to systemically 

explore and tackle the challenges and barriers patients (and patient representatives) have 

encountered when voicing their perspective in health research decisions; it could be 

described as a transition arena in which already initiated niche experiments inspire and 

learn from each other, with a focus on drawing on current regime factors instead of 

constructing a competing regime. Self-evidently, patient representatives occupy a central 

position in such a network: their experiential knowledge, both as patients in the healthcare 

they have received (or are receiving) and as patient representatives in patient involvement 

initiatives, should set the agenda for the network. Additionally, the network should bring 

together actors involved in bottom-up initiatives and top-down future visions, combining 

insights from different health research contexts, as well as from change agents working 

at the local, regional, national and international level of health research decision-making. 

Furthermore, actors from the pharmaceutical industry and healthcare insurance agencies 

(whose perspectives have received relatively little attention in this thesis) ought to be 

represented in such a network. An action-oriented, yet reflexive research approach would 

suit such a research project. Rather than having a sense of ownership over the network, 

an academic research team should support the stakeholders in taking the initiative to reflect 

on the other’s assumptions, perceptions and values, thereby identifying opportunities to 

jointly change the systemic features influencing the meaningful and sustainable involvement 

of patients in health research decision-making. 
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SUMMARY 

Our Western health research system is under pressure. Certain aspects of the system and 

its prevalent paradigm are increasingly felt to compromise its competency to improve 

patients’ health-related quality of life. The meaningful and sustainable involvement of 

patients in health research decision-making can aid in making the health research system 

more responsive to the perspectives of those people it ultimately concerns: patients.

First, the biomedical model, prevalent in our health research system, considers accumulated 

research evidence superior to clinical expertise and patient values. The diversity of patient 

perspectives is of secondary importance in this model. Related to this focus on research 

evidence, the biomedical research paradigm favours monodisciplinary over multidisciplinary 

research, thereby insufficiently acknowledging the complexity of the individual’s 

contextualized experience of illness. Second, mismatches have been identified between 

the research agendas and activities of researchers and the (research) needs of patients. 

Newly developed innovations with an interventionist focus do not always address relevant 

problems in current health practices, nor do they meet the needs of patients. Third, these 

knowledge-hierarchical, monodisciplinary and interventionist aspects of health research 

are reproduced through a self-governing system of peer evaluation. This enhances 

researchers’ interdependence, encouraging them to align to the dominant paradigm and 

impeding them to contribute to a system innovation. Last, the health research system can 

be characterized as supply-driven, where an elite group of stakeholders, mainly comprising 

of qualified academics and medical specialists, has taken the lead in health research 

decision-making. This can be associated with limited attention to the contextualisation of 

the produced knowledge and innovations, and poor responsiveness to the concerns and 

needs of patients.

One avenue for improvement is more reciprocal communication between researchers, 

healthcare professionals and patients to improve the applicability, utility and acceptability 

of health research; i.e. by involving patients in health research decision-making. Three 

arguments advocating patient involvement can be discerned. First, there is a democratic, 

normative imperative to involve those who are most directly affected by health research 

outcomes. Second, according to the instrumental argument, societal support for research 

is enhanced if patients are involved in its decision-making. Third, the substantive argument 

emphasizes the unique perspective patients can offer on health and disease. Patients’ daily 

experience of living with a disease and its consequences –their experiential knowledge- is 

complementary to the knowledge of researchers and healthcare professionals. 

Despite these arguments in favour of involving patients, mainstreaming meaningful patient 

involvement in health research decision-making has proven problematic. Initiatives are 

often one-off events, their success remains dependent on enthusiastic individuals and the 

organizational embedding of the initiatives proves challenging. In other words, the 
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sustainability of the patients’ involvement is often limited. Additionally, tokenism is a 

recurring issue in patient involvement; window-dressing occurs when patients are asked 

and/or allowed to contribute only to aspects of the research process with little significance 

to the researchers, or when their input is side-lined or ignored. 

The difficulty of meaningfully and sustainably involving patients can be understood by 

considering the systemic mechanisms that dominate health research decision-making. The 

current regime of the health research system is not configured to incorporate the patients’ 

perspective as common practice. Regime players share a dominant way of thinking 

(culture), organising (structure) and enacting (practice) health research decision-making, 

which hinders meaningful and sustainable patient involvement. For example, in the 

biomedical research paradigm the patients’ perspective is undervalued, obstructive or 

unsupportive resource infrastructures can be identified, and actors lack insight and/or 

willingness to involve patients meaningfully in decision-making processes. Moreover, these 

features of the health research system are systemic, meaning that a resistance to change 

from within the system counteracts the mainstreaming of niche-initiatives in which an 

alternative constellation is employed. To meaningfully and sustainably involve patients in 

health research decision-making, a system innovation is required in which these systemic 

mechanisms are overcome. 

Based on these insights, this thesis aims to analyse and enhance meaningful and 

sustainable patient involvement in health research decision-making, in order to make the 

health research system more responsive to the perspectives of patients. To achieve this 

aim, we argue that there is a need to focus on the meaningfulness of patient involvement, 

and to unravel and overcome the systemic features which influence the sustainability of 

patient involvement in health research decision-making. The aim of this thesis was therefore 

divided into two research questions; 

1. How can patients be meaningfully involved in health research decision-making?

2.  How can the sustainability of patient involvement in health research decision-making be 

enhanced? 

Case studies 

In order to answer these research questions we conducted four qualitative, real-life 

transdisciplinary case studies, which provided the opportunity to facilitate and critically 

examine patient involvement in various stages of the health research decision-making 

cycle. In all case studies we took an action-oriented approach, which allowed us to intervene 

based on our preliminary insights and to stimulate stakeholders’ reflexivity. 

Explicating patients’ research needs 

To incorporate patients’ research needs meaningfully in health research decision-making, 

we investigated what these needs and their contexts entail. Therefore, in two case studies 

patients’ research needs were put centre stage: two research agendas were articulated, 
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one for patients with haematological cancers and one for people with visual impairments. 

The methodological challenges associated with setting a research agenda in a divided 

patient community were also discussed. 

In the first case study, a research agenda from the patients’ perspective was set in 

collaboration with and intended for people with a haematological cancer. To identify and 

prioritize their everyday problems and research needs, we adopted the Dialogue Model. 

Patients’ everyday problems can be categorized as physical discomfort, psychosocial 

issues, problems with the healthcare system, and policy issues. Regarding research needs, 

respondents prioritize research aimed at factors potentially influencing survival, and 

research aimed at improving patients’ quality of life. We identified an underrepresentation 

of research of a social scientific character and as such, patients’ everyday problems are 

not all directly reflected in the research agenda. Our findings indicated that patients, besides 

emphasizing the importance of improving survival, have a desire to increase control over 

their lives.

The second case study aimed to identify and contextualize the research wishes of people 

with a visual impairment. Here we carried out the first four phases of the Dialogue Model. 

Patients were divided according to the aetiology of their ophthalmological disease or 

severity of visual impairment, and consulted in focus group discussions in which they 

identified everyday problems and research needs. Subsequently, patients were asked to 

prioritise the research needs on the medical domain and socio-psychological domain 

separately. For the medical research agenda, patients considered research aimed at treating 

the cause of ophthalmological disorders more important than research aimed at improving 

their quality of life. For the socio-psychological agenda, respondents considered needs 

concerning the improvement of technologies for people with visual impairments and 

navigation, orientation, and accessibility of public space top priorities. We also stratified 

the results regarding ophthalmological disorder, severity of visual impairment, age, age of 

onset, gender and membership of a patient organisation.

During this second case study, it became apparent that the heterogeneous patient 

community could be considered divided: especially patient representatives (rather than 

patients without a representative role) tended to defend the interests of patients with their 

type of ophthalmological disease, rather than unite forces with representatives from other 

patient communities. We analysed the participatory research agenda-setting process, 

employing the analytical framework of boundary work. We distinguished both our own and 

patient representatives’ efforts to create, manage or disrupt boundaries between the 

patient communities. Boundaries were reinforced by our strategies acknowledging the 

differences, to maintain support amongst patient representatives. Our management of 

boundaries concentrated on facilitating opportunities of reconciliation and on depoliticizing 

the study. Disruption of the boundaries was attempted in the heterogeneity of the project 

team’s composition. We conclude that the Dialogue Model is mainly effective in reducing 
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moderate substantive conflict, but that additional affective conflict-reducing strategies are 

required when a research agenda is set in a divided patient community.

Unravelling and overcoming systemic features which influence the sustainability of patient 

involvement 

To sustainably involve patients in health research decision-making, a new way of organizing, 

thinking and acting is required. The systemic features influencing the adjustment of the 

health research system received explicit attention in the third and fourth case study. 

In the third case study, the involvement of patient reviewers in proposal appraisal at the 

Dutch Cancer Society (DCS), a private research funding organization, was supported and 

reflexively monitored. The emergent and participatory research approach Reflexive 

Monitoring in Action (RMA) was applied in three phases. The inventory of the starting 

situation revealed a positive stance of stakeholders towards patient involvement, which 

was, however, accompanied by a lack of tools and structures. Based on the findings in this 

phase, interventions were designed and monitored during their execution. In the evaluation 

phase, patient reviewers and staff members reflected on the developments regarding 

patient involvement in proposal appraisal at DCS. Analysis revealed that structural 

interventions especially succeeded in the relatively bureaucratic context. We also addressed 

the cultural shift required at the funding organization, but the effects of these efforts took 

longer to materialize. This may have reduced the meaningful involvement of patients in 

proposal appraisal in practice. To overcome the underlying systemic barriers, an approach 

is needed that encourages stakeholders’ reflexivity in the structural, cultural, and practical 

domain.

The fourth case study aimed to involve patient representatives meaningfully and sustainably 

in research decision-making at a research department of an academic hospital. A 

collaboration between patient representatives and researchers was initiated, facilitated 

and reflexively monitored following the research approach RMA. Participants’ expectations 

regarding the collaboration were explicated. Subsequently, a process facilitator prepared 

and facilitated several dialogue meetings at which all participants were present, as well as 

numerous intermediate meetings with a subset of participants. All dialogue meetings 

concluded with a reflective component, in which participants explicitly evaluated the 

progress of the participatory practice. In evaluative interviews, the participants reflected 

on the participatory practice. In this study, we found that participants valued the patient 

perspective and were motivated to collaborate, but the project contributed relatively little 

to the institutionalization of patient involvement in research decision-making. This was due 

to several barriers such as difficulties to transfer the sense of ownership to staff of the 

organization. Also, the collaboration was not incorporated into the daily routines of the 

involved researchers, and participants did not adequately regard the collaboration as a 

learning experience on a reflexive level. Outside the sphere of influence of this collaboration, 

the rigidity of the medical research financing system limited the flexibility required to 
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meaningfully involve patients in research decision-making. To enhance the sustainability 

of meaningful patient involvement, the following elements are important conditions: (1) 

second-order reflexivity and an action-oriented stance of the participants to overcome the 

systemic barriers of a collaboration, (2) a sense of ownership within the organization, 

providing sufficient organizational and financial support to guide the required structural 

adjustments, and (3) lasting organizational flexibility to sustainably implement the results 

of the collaboration effectively.

Meaningful patient involvement in health research decision-making

The first research question of this thesis revolved around the meaningfulness of patient 

involvement in health research decision-making. To analyse this meaningfulness of patient 

involvement in our case studies, we operationalised this concept in terms of process and 

outcome objectives: stakeholder representation, supporting process structure, supporting 

process management, and direct and indirect outcomes.

To adequately voice the patients’ perspective, it is of key importance to involve a diverse 

group of patients. Also, patients need to be empowered in articulating their implicit 

experiential knowledge. Although we agree with a need for support for patient 

representatives in this respect, we argue for some restraint with regards to the extensive 

training of patients regarding (biomedical) scientific knowledge. Patient representatives 

may welcome such support, but unintentional side-effects may include the drifting apart 

of patient representatives from their grass-root support and the exclusion of less well-

informed patient representatives. Furthermore, the process of empowerment goes both 

ways, in that articulating knowledge also contributes to empowerment. In this light, we 

fully acknowledge the importance of dialogue sessions, both between patient 

representatives and their grass-root support, as well as between patient representatives 

and other stakeholders. 

In all case studies, a neutral process facilitator proved vital for supporting meaningful patient 

involvement. Such a facilitator can establish a transparent process structure by formulating 

the objectives and scope of the patient involvement and by clarifying patients’ and other 

stakeholders’ roles. The organisational context in which the facilitator operates also 

influences the meaningfulness of patient involvement in the decision-making processes. 

Furthermore, the value of direct interpersonal contact was frequently mentioned in our 

case studies; patient representatives in particular indicated that meeting other stakeholders 

in real life felt different from online contact, and that their involvement benefited from 

forming personal connections. In this regard, a process facilitator has a responsibility in 

nurturing an atmosphere of mutual respect, trust, openness and constructive interaction. 

It is important that the facilitator takes the affective relationships between stakeholders 

more explicitly into account than previously assumed; there is a need to enrich patient 

involvement methodologies using affective conflict management strategies, especially 

when a divided patient community is involved. In contrast to previous findings, our research 
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reveals that not all patient representatives (nor other stakeholders) felt the need to reflect 

and provide feedback on the process of patient involvement. 

The aim of reaching consensus between stakeholders contributes to the formation and 

maintenance of a long-term partnership between stakeholders. Reaching such mutual 

agreement was indeed prominent throughout all case studies. However, the extent to 

which patients’ perspectives were incorporated in the decisions taken and the chances of 

implementation of these decisions varied. The research methodology RMA enabled us to 

convert such insights into recommendations to be applied on the very short term. 

In all case studies, stakeholders especially built trust and learned from each other when 

they directly interacted over a sustained period of time. Learning mainly concerned 

substantive matters and reflection focused on defining concrete problems, to which 

concrete solutions were sought. On the procedural and reflective level, mutual learning 

took place to a lesser extent. Similarly, second-order reflection, which enhances the mutual 

understanding of stakeholders’ argumentations and their underlying values and 

assumptions, was generally limited. 

Sustainability of patient involvement in health research decision-making

The second research question of this thesis focused on how to enhance the sustainability 

of meaningful patient involvement. We argue that the current health research system 

impedes meaningful and sustainable patient involvement in health research decision-

making. Therefore, a system innovation (including changes in structure, culture and practice 

of the current regime) is required to make such involvement a common practice.

In the prevalent biomedical research paradigm, patient expertise is little appreciated. A 

deep-seated change in health research culture is needed. However, this is not yet 

acknowledged by all stakeholders and more reflection on the cultural shift regarding the 

values and assumptions underlying patient involvement is thus necessary.

First, most stakeholders in the case studies expressed that they were, in principle, 

supportive of patient involvement. However, despite this seeming enthusiasm, patients’ 

contributions were considered valuable only when researchers welcomed them as such. 

This shows that patient involvement is not yet an axiomatic component of the knowledge 

production process. Second, in some case studies researchers and patient representatives 

criticised the employed methodology because of its qualitative focus on contextualised 

data, maximising diversity and achieving data saturation, at the expense of statistical 

representativeness. This demonstrates that not only most scientists adhered to the 

positivist paradigm, but many patients seemingly did so as well. Third, in practice, involving 

patients in a meaningful and sustainable way in research decision-making requires 

researchers to adjust their scientific discourse. However, in our case studies patients were 

often expected and inclined to adjust themselves to the prevalent language and social 
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norms, rather than partaking in a mutual learning process. This demonstrates how culture 

(regarding the scientific paradigm) influences etiquette (regarding discourse), thus playing 

out in practice, and how both culture and practice need to change in order to involve 

patients meaningfully in decision-making processes. 

To address this required change in health research culture, we attempted to improve 

stakeholders’ ability to reflect on the process on a second-order level. We introduced and 

facilitated recurring active moments of reflection in our case studies. Simultaneously, we 

aimed to align the context and the patient involvement initiative to maximize the system 

learning of involved stakeholders. However, such alignment with a results-oriented medical 

culture proved counterproductive; our attempts to stimulate reflectivity encountered 

opposition precisely because it did not yield any concrete results. As we have found few 

additional methodological directions in the existing literature on how to both stimulate 

reflectivity and align with the initiative’s context, we call for more research on this issue. 

In addition to the need for adjustment of the health research culture, the health research 

infrastructure also needs to be reconfigured. This entails the adjustment of daily working 

routines to involve patients in decision-making, the allocation of budgetary and organisational 

resources to organise meaningful and sustainable patient involvement, and the 

responsiveness of the health research funding system to patients’ perspectives.

Encountered barriers in structure and practice are often related to logistics, such as the 

extra time, labour and money that patient involvement requires. In most of our case studies, 

the incorporation of patient involvement activities into the daily routines of involved 

researchers indeed proved problematic. Only when procedures and regulations were 

sufficiently bindingly altered, involving patients as common practice became a success. 

This demonstrates that sustained changes in structure are necessary to sustainably change 

practice. Also, allocating budgetary and organisational resources to appoint a neutral 

process facilitator is required for sustained patient involvement. From an organizational 

perspective, a sense of ownership over patient involvement activities is especially needed. 

Last, the rigidity of the health research funding system has an impeding effect on patient 

involvement. To acquire funding in the current financing system of grant-allocated research, 

applicants must commit to predefined performance indicators. This complicates the 

adjustment of outcome measures or research set-up, limiting the flexibility that is required 

to involve patients meaningfully in research. Research funding agencies, which are 

increasingly supporting patient involvement, should therefore adopt a more lenient and 

encouraging position towards changes proposed during research conduct on the basis of 

patients’ input. 

Thesis_Anne_Floor.indb   202 15-10-18   06:37



Summary

203

 S

Thesis_Anne_Floor.indb   203 15-10-18   06:37



APPENDIX

204

REFERENCES 

Abelson, J., Forest, P. G., Eyles, J., Smith, P., Martin, E., & Gauvin, F. P. (2003). Deliberations about deliberative 
methods: Issues in the design and evaluation of public participation processes. Social Science and Medicine, 57(2), 
239–251. 

Abma, T. A. (2005a). Patient participation in health research: research with and for people with spinal cord injuries. 
Qualitative Health Research, 15(10), 1310–1328. 

Abma, T. A. (2005b). Responsive evaluation: Its meaning and special contribution to health promotion. Evaluation 
and Program Planning, 28(3), 279–289. 

Abma, T. A. (2006a). Patients as partners in a health research agenda setting: the feasibility of a participatory 
methodology. Evaluation & the Health Professions, 29(4), 424–439. 

Abma, T. A. (2006b). The Practice and Politics of Responsive Evaluation. American Journal of Evaluation, 27(1), 31–43. 

Abma, T. A., & Broerse, J. E. W. (2010). Patient participation as dialogue: setting research agendas. Health 
Expectations, 13(2), 160–173. 

Abma, T. A., Nierse, C. J., & Widdershoven, G. A. M. (2009). Patients as Partners in Responsive Research: 
Methodological Notions for Collaborations in Mixed Research Teams. Qualitative Health Research, 19(3), 401–415. 

Abma, T. A., Pittens, C. A. C. M., Visse, M. A., Elberse, J. E., & Broerse, J. E. W. (2014a). Patient involvement in 
research programming and implementation: A responsive evaluation of the Dialogue Model for research agenda 
setting. Health Expectations. 

Abma, T. A., Pittens, C. A. C. M., Visse, M. A., Elberse, J. E., & Broerse, J. E. W. (2014b). Patient involvement in 
research programming and implementation: A responsive evaluation of the Dialogue Model for research agenda 
setting. Health Expectations, 18(6), 2449–2464. 

Albert, M., & Kleinman, D. L. (2011). Bringing Pierre Bourdieu to Science and Technology Studies. Minerva, 49(3), 
263–273. 

Albert, M., Laberge, S., & Hodges, B. D. (2009). Boundary-Work in the health research field: Biomedical and clinician 
scientists’ perceptions of social science research. Minerva, 47(2), 171–194. 

Allsop, J., Jones, K., & Baggott, R. (2004). Health consumer groups in the UK: a new social movement? Sociology 
of Health & Illness, 26(6), 737–756.

Alzheimers_Society. (n.d.). The Research Network. Retrieved April 1, 2018, from https://www.alzheimers.org.uk/
info/20063/patient_and_public_involvement/43/the_research_network/3

Amason, A. C. (1996). Distinguishing the Effects of Functional and Dysfunctional Conflict on Strategic Decision 
Making : Resolving a Paradox for Top Management Teams. The Academy of Management Journal, 39(1), 123–148. 

Andejeski, Y., Bisceglio, I. T., Dickersin, K., Johnson, J. E., Robinson, S. I., Smith, H. S., … Rich, I. M. (2002). 
Quantitative Impact of Including Consumers in the Scientific Review of Breast Cancer Research Proposals. Journal 
of Women’s Health & Gender-Based Medicine, 11(4), 379–389.

Andejeski, Y., Breslau, E. S., Hart, E., Lythcott, N., Alexander, L., Rich, I. M., … PANEL, U. S. A. M. R. A. M. C. F. Y. 
1995 B. C. R. P. I. (2002). Benefits and Drawbacks of Including Consumer Reviewers in the Scientific Merit Review 
of Breast Cancer Research. Journal of Women’s Health & Gender-Based Medicine, 11(2), 119–136.

Arnstein, S. R. (1969). A Ladder Of Citizen Participation. Journal of the American Planning Association, 35(4), 216–224. 

Attree, M. (2001). Patients’ and relatives’ experiences and perspectives of “good” and “not so good” quality care. 
J Adv Nurs, 33. 

Thesis_Anne_Floor.indb   204 15-10-18   06:37



References

205

 R

Baart, I. L. M. a, & Abma, T. a. (2011). Patient participation in fundamental psychiatric genomics research: A Dutch 
case study. Health Expectations, 14(3), 240–249. 

Barello, S., Graffigna, G., Vegni, E., & Bosio, C. (2014). The Challenges of Conceptualizing Patient Engagement in 
Health Care: A Lexicographic Literature Review. Journal of Participatory Medicine, 6, 1–13. 

Beers, P. J., & van Mierlo, B. (2017). Reflexivity and Learning in System Innovation Processes. Sociologia Ruralis, 
57(3), 415–436. 

Beierle, T. C., & Konisky, D. M. (2000). Values, conflict, and trust in participatory environmental planning. Journal of 
Policy Analysis and Management, 19(4), 587–602. 

Beleidsvisie KWF Kankerbestrijding. (2015). Amsterdam.

Beresford, P. (2003). User involvement in research: Exploring the challenges. Journal of Research in Nursing, 8(1), 
36–46.

Beresford, P. (2007). User involvement, research and health inequalities: developing new directions. Health & Social 
Care in the Community, 15(4), 306–312. 

Boaz, A., Biri, D., & Mckevitt, C. (2016). Rethinking the relationship between science and society: Has there been 
a shift in attitudes to Patient and Public Involvement and Public Engagement in Science in the United Kingdom? 
Health Expectations, 19(3), 592–601. 

Bodenheimer, T. (2008). Coordinating Care — A Perilous Journey through the Health Care System. New England 
Journal of Medicine, 358(10), 1064–1071. 

Boote, J. D., Baird, W., & Beecroft, C. (2010). Public involvement at the design stage of primary health research: A 
narrative review of case examples. Health Policy, 95(1), 10–23. 

Boote, J. D., Baird, W., & Sutton, A. (2011). Public involvement in the systematic review process in health and social 
care: A narrative review of case examples. Health Policy, 102(2–3), 105–116. 

Boote, J. D., Telford, R., & Cooper, C. L. (2002). Consumer involvement in health research: a review and research 
agenda. Health Policy, 61(2), 213–236. 

Boote, J. D., Wong, R., & Booth, A. (2015). “Talking the talk or walking the walk?” A bibliometric review of the 
literature on public involvement in health research published between 1995 and 2009. Health Expectations, 18(1), 
44–57. 

Boudreau, K. J., Guinan, E. C., & Lakhani, K. R. (2012). The Novelty Paradox & Bias for Normal Science : Evidence 
from Randomized Medical Grant Proposal Evaluations. Harvard Business School, Working Pa(13–053).

Brett, J., Staniszewska, S., Mockford, C., Herron-Marx, S., Hughes, J., Tysall, C., & Suleman, R. (2014). Mapping 
the impact of patient and public involvement on health and social care research: A systematic review. Health 
Expectations, 17(5), 637–650. 

Broerse, J. E. W., Elberse, J. E., Caron-Flinterman, J. F., & Zweekhorst, M. B. M. (2010). Enhancing a transition 
towards a needs-oriented health research system through patient participation. In J. E. W. Broerse & J. F. G. Bunders 
(Eds.), Transitions in Health Systems: Dealing with Persistent Problems (pp. 181–208). VU University Press.

Broerse, J. E. W., & Grin, J. (2017). Toward Sustainable Transitions in Healthcare Systems. New York: Routledge.

Broerse, J. E. W., Zweekhorst, M. B. M., de Groot, J., & Oud, S. M. M. (2006). Patiëntenraadpleging Diabetes Fonds. 
Amsterdam.

Broerse, J. E. W., Zweekhorst, M. B. M., van Rensen, A. J. M. L., & de Haan, M. J. M. (2010). Involving burn survivors 
in agenda setting on burn research: An added value? Burns, 36(2), 217–231. 

Burri, R. V. (2008). Doing Distinctions. Social Studies of Science, 38(1), 35–62. 

Thesis_Anne_Floor.indb   205 15-10-18   06:37



APPENDIX

206

Callard, F., Rose, D., & Wykes, T. (2012). Close to the bench as well as at the bedside: involving service users in all 
phases of translational research. Health Expectations : An International Journal of Public Participation in Health Care 
and Health Policy, 15(4), 389–400. 

Carboni, J. (1995). A Rogerian process of inquiry. Nursing Science Quarterly, 8, 22–37.

Caron-Flinterman, J. F. (2005). A new voice in science: patient participation in decision-making on biomedical research. 
Amsterdam, VU University: Wohrmann Print Service.

Caron-Flinterman, J. F., Broerse, J. E. W., & Bunders, J. F. G. (2005). The experiential knowledge of patients: a new 
resource for biomedical research? Social Science & Medicine, 60(11), 2575–2584. 

Caron-Flinterman, J. F., Broerse, J. E. W., & Bunders, J. F. G. (2007). Patient Partnership in Decision-Making on 
Biomedical Research. Science, Technology & Human Values, 32(3), 339–368. 

Caron-Flinterman, J. F., Broerse, J. E. W., Teerling, J., & Bunders, J. F. G. (2005). Patients’ priorities concerning health 
research: The case of asthma and COPD research in the Netherlands. Health Expectations, 8(3), 253–263. 

Chalmers, I. (1995). What do I want from health research and researchers when I am a patient ? British Medical 
Journal, 310, 1315–1318.

Charlton, B. G. (1996). The scope and nature of Epidemiology. Journal Clinical Epidemiology, 49(6), 623–626. 

Chia, E. M., Wang, J. J., Rochtchina, E., Smith, W., Cumming, R. R., & Mitchell, P. (2004). Impact of Bilateral Visual 
Impairment on Health-Related Quality of Life: The Blue Mountains Eye Study. Investigative Ophthalmology and Visual 
Science, 45(1), 71–76. 

Clinton-McHarg, T., Paul, C., Sanson-Fisher, R., D’Este, C., & Williamson, A. (2010). Determining research priorities 
for young people with haematological cancer: A value-weighting approach. European Journal of Cancer, 46(18), 
3263–3270. 

Collins, H. M., & Evans, R. J. (2002). The Third Wave of Science Studies: Studies of Expertise and Experience. Social 
Studies of Science, 32(2), 235–296. 

Cornwall, A., & Jewkes, R. (1995). What is participatory research? Social Science & Medicine, 41(12), 1667–1676. 

Cowan, K., & Oliver, S. (2016). The James Lind Alliance Guidebook. Oxford.

Curt, G. A., Breitbart, W., Cella, D., Groopman, J. E., Horning, S. J., Itri, L. M., … Vogelzang, N. J. (2000). Impact of 
cancer-related fatigue on the lives of patients: new findings from the Fatigue Coalition. Oncologist, 5(5), 353–360. 

Daly, J., Willis, K., Small, R., Green, J., Welch, N., Kealy, M., & Hughes, E. (2007). A hierarchy of evidence for 
assessing qualitative health research. Journal of Clinical Epidemiology, 60(1), 43–49. 

Darlenski, R. B., Neykov, N. V., Vlahov, V. D., & Tsankov, N. K. (2010). Evidence-based medicine: Facts and 
controversies. Clinics in Dermatology, 28(5), 553–557. 

Davidoff, F., Haynes, B., Sackett, D. L., & Smith, R. (1995). Evidence Based Medicine: A New Journal To Help Doctors 
Identify The Information They Need. BMJ: British Medical Journal, 310(6987), 1085–1086. 

de Haan, J. (2010). Towards Transition Theory. Rotterdam: Wohrmann Print Service.

Deane, K. H. O., Flaherty, H., Daley, D. J., Pascoe, R., Penhale, B., Clarke, C. E., … Storey, S. (2014). Priority setting 
partnership to identify the top 10 research priorities for the management of Parkinson’s disease. BMJ Open, 4(12), 
e006434–e006434. 

de Wit, M. P. T., Abma, T. A., Koelewijn-van Loon, M., Collins, S., & Kirwan, J. (2013). Involving patient research 
partners has a significant impact on outcomes research: a responsive evaluation of the international OMERACT 
conferences. BMJ Open, 3(5), 1–12. 

Thesis_Anne_Floor.indb   206 15-10-18   06:37



References

207

 R

de Wit, M. P. T., Elberse, J. E., Broerse, J. E. W., & Abma, T. A. (2015). Do not forget the professional - the value of 
the FIRST model for guiding the structural involvement of patients in rheumatology research. Health Expectations, 
18(4), 489–503. 

Deber, R. B., Kraetschmer, N., Urowitz, S., & Sharpe, N. (2005). Patient, consumer, client, or customer: What do 
people want to be called? Health Expectations, 8(4), 345–351. 

Dedding, C., & Slager, M. (2013). De rafels van participatie in de gezondheidszorg: van participerende patiënt naar 
participerende omgeving. (C. Dedding & M. Slager, Eds.). Den Haag: BOOM LEMMA.

Domecq, J. P., Prutsky, G. J., Elraiyah, T. A., Wang, Z., Nabhan, M., Shippee, N. D., … Murad, M. H. (2014). Patient 
engagement in research: a systematic review. BMC Health Services Research, 14(89). 

Driessen, P. P. J., Glasbergen, P., & Verdaas, C. (2001). Interactive policy-making – a model of management for public 
works. European Journal of Operational Research, 128(2), 322–337. 

Duckett, P., & Pratt, R. (2001). The researched opinions on research: visually impaired people and visual impairment 
research. Disability & Society, 16(6), 815–835. 

Efficace, F., Cocks, K., Breccia, M., Sprangers, M., Meyers, C. A., Vignetti, M., … Mandelli, F. (2012). Time for a new 
era in the evaluation of targeted therapies for patients with chronic myeloid leukemia: Inclusion of quality of life and 
other patient-reported outcomes. Critical Reviews in Oncology/Hematology, 81(2), 123–135. 

El Enany, N., Currie, G., & Lockett, A. (2013). A paradox in healthcare service development: Professionalization of 
service users. Social Science and Medicine, 80, 24–30. 

Elberse, J. E. (2012). Towards structural patient participation in health research. In Changing the health research 
system, patient participation in health research (pp. 143–159). ’s Hertogenbosch: BOXPress.

Elberse, J. E., Caron-Flinterman, J. F., & Broerse, J. E. W. (2011). Patient-expert partnerships in research: how to 
stimulate inclusion of patient perspectives. Health Expectations, 14(3), 225–239. 

Elberse, J. E., de Boer, W. I., & Broerse, J. E. W. (2017). Towards a need-oriented health research system: involving 
patients in health research. In J. E. W. Broerse & J. Grin (Eds.), Toward Sustainable Transitions in Healthcare Systems. 
New York: Routledge.

Elberse, J. E., de Wit, M. P. T., Velthuis, H. M. A., Dijkmans, B. A. C., Evers, A. W. M., Geenen, R., … Vliet Vlieland, 
T. P. M. (2009). Netwerk onderzoekspartners in de reumatologie. Getrainde patientenvertegenwoordigers betrokken 
bij onderzoek. Nederlands Tijdschrift Voor Reumatologie, 4, 40–44.

Elberse, J. E., Laan, D., de Cock Buning, T., Teunissen, T., Broerse, J. E. W., & de Boer, W. I. (2012). Patient 
involvement in agenda setting for respiratory research in the Netherlands. European Respiratory Journal, 40(2), 
508–510. 

Elberse, J. E., Pittens, C. A. C. M., de Cock Buning, T., & Broerse, J. E. W. (2012). Patient involvement in a scientific 
advisory process: Setting the research agenda for medical products. Health Policy, 107(2–3), 231–242. 

Eldh, A. C., Ekman, I., & Ehnfors, M. (2006). Conditions for Patient Participation and Non-participation in Health Care. 
Nursing Ethics, 13(5), 503–514. 

Elwyn, G., Crowe, S., Fenton, M., Firkins, L., Versnel, J., Walker, S., … Gelder, C. (2010). Identifying and prioritizing 
uncertainties: Patient and clinician engagement in the identification of research questions. Journal of Evaluation in 
Clinical Practice, 16(3), 627–631. 

Elzen, B., Geels, F. W., & Green, K. (Eds.). (2004). System Innovation and the Transition to Sustainability - Theory, 
Evidence and Policy. Cheltenham, UK / Northampton, MA, USA: Edward Elgar Publishing.

Elzen, B., & Wieczorek, A. (2005). Transitions towards sustainability through system innovation. Technological 
Forecasting and Social Change, 72(6), 651–661. 

Thesis_Anne_Floor.indb   207 15-10-18   06:37



APPENDIX

208

Entwistle, V. A., Renfrew, M. J., Yearley, S., Forrester, J., & Lamont, T. (1998). Lay perspectives: advantages for 
health research. British Medical Journal, 316(7129), 463–466. 

Facey, K., Hansen, H. P., & Single, A. (Eds.). (2017). Patient Involvement in Health Technology Assessment. Singapore: 
ADIS. 

Faulkner, A., & Nicholls, V. (2001). Strategies for Living. Journal of Integrated Care, 9(1), 32–36. 

Fiorino, D. J. (1990). Citizen Participation and Environmental Risk: A Survey of Institutional Mechanisms. Science, 
Technology & Human Values, 15(2), 226–243. 

Fleurence, R. L., Forsythe, L. P., Lauer, M., Rotter, J., Ioannidis, J. P. A., Beal, A., … Selby, J. V. (2014). Engaging 
patients and stakeholders in research proposal review: The Patient-Centered Outcomes Research Institute. Annals 
of Internal Medicine, 161(2), 122–130. 

Forbat, L., Hubbard, G., & Kearney, N. (2009). Patient and public involvement: Models and muddles. Journal of Clinical 
Nursing, 18(18), 2547–2554. 

Forster, R. (1998). Patient advocacy in psychiatry: The Austrian and the Dutch models. International Social Work, 
41(2), 155–167. 

Frank, L., Forsythe, L. P., Ellis, L., Schrandt, S., Sheridan, S., Gerson, J., … Daugherty, S. (2015). Conceptual and 
practical foundations of patient engagement in research at the patient-centered outcomes research institute. Quality 
of Life Research, 24(5), 1033–1041. 

Frenk, J. (1992). Balancing relevance and excellence: Organizational responses to link research with decision making. 
Social Science and Medicine, 35(11), 1397–1404. 

Frodin, U., Lotfi, K., Fomichov, V., Juliusson, G., & Borjeson, S. (2015). Frequent and long-term follow-up of health-
related quality of life following allogeneic haematopoietic stem cell transplantation. European Journal of Cancer Care, 
24(6), 898–910. 

Fumagalli, L. P., Radaelli, G., Lettieri, E., Bertele, P., & Masella, C. (2015). Patient Empowerment and its neighbours: 
Clarifying the boundaries and their mutual relationships. Health Policy, 119(3), 384–394. 

Gadsby, R., Snow, R., Daly, J., Crowe, S., Matyka, K., Hall, B., & Petrie, J. (2012). Setting research priorities for Type 
1 diabetes. Diabetic Medicine, 29(10), 1321–1326. 

Gallivan, J., Burns, K. K., Bellows, M., & Eigenseher, C. (2012). The Many Faces of Patient Engagement. Journal of 
Participatory Medicine, 4, e32.

Geels, F. W. (2002). Technological transitions as evolutionary reconfiguration processes: a multi-level perspective 
and a case-study. Research Policy, 31, 1257–1274. 

Geels, F. W., & Schot, J. (2007). Typology of sociotechnical transition pathways. Research Policy, 36(3), 399–417. 

Gezondheidsraad. (2016). Onderzoek waarvan je beter wordt. Een herorientatie op umc-onderzoek. The Hague, The 
Netherlands.

Gibbons, M. T. (1999). Science’s new social contract with society. Nature, 402(December), 81–84. 

Gibson, A., Welsman, J., & Britten, N. (2017). Evaluating patient and public involvement in health research: from 
theoretical model to practical workshop. Health Expectations, 20(5), 826–835. 

Gieryn, T. F. . (1983). Boundary-Work and the Demarcation of Science from Non-Science : Strains and Interests in 
Professional Ideologies of Scientists. American Sociological Review, 48(6), 781–795.

Goodare, H., & Lookwood, S. (1999). Involving patients in clinical research. British Medical Journal, 319(18 Sept), 
724–725. 

Thesis_Anne_Floor.indb   208 15-10-18   06:37



References

209

 R

Goodare, H., & Smith, R. (1995). The rights of patients in research. British Medical Journal, 310(May), 1277–1278.

Grant-Pearce, C., Miles, I., & Hills, P. (1998). Mismatches in Priorities for Health between Professionals and 
Consumers. Manchester.

Gray, R. E., Fitch, M., Davis, C., & Phillips, C. (2000). Challenges of participatory research: reflections on a study with 
breast cancer self-help groups. Health Expectations, 3(4), 243–252.

Green, J., & Thorogood, N. (2004). Analysing Qualitative Data. In Qualitative Methods for Health Research (pp. 
173–200). London.

Grin, J., Rotmans, J., & Schot, J. (2010). Transitions to Sustainable Development: New Directions in the Study of 
Long Term Transformative Change. New York/Oxon: Routledge. 

Grin, J., & van der Graaf, H. (1996). Implementation as communicative action: An intepretive understanding of 
interaction between policy actors and target groups. Policy Sciences, 29(4), 291–319.

Guerin, M. B., Flynn, T. H., Brady, J., & O’Brien, C. J. (2009). Worldwide geographical distribution of ophthalmology 
publications. International Ophthalmology, 29(6), 511–516. 

Guston, D. H. (1999). Evaluating the first U.S. consensus conference: The impact of the citizens’ panel on 
telecommunications and the future of democracy. Science Technology and Human Values, 24(4), 451–482. 

Hall, P. (2005). Interprofessional teamwork: professional cultures as barriers. Journal of Interprofessional Care, 19(1), 
188–196. 

Halvorsen, K. E. (2003). Assessing the effects of public participation. Public Administration Review, 63(5), 535–543. 

Hanselaar, A. G. J. M., & Boerrigter, G. H. (2011). De strijd tegen kanker in Nederland. In C. J. H. van de Velde, W. 
T. A. van der Graaf, J. H. J. M. van Krieken, C. A. M. Marijnen, & J. B. Vermorken (Eds.), Oncologie (8th ed., pp. 
683–688). Houten: Bohn Stafleu van Loghum.

Harrison, S., & Mort, M. (1998). Which Champions, Which People? Public and User Involvement in Health Care as 
a Technology of Legitmacy. Social Policy and Administration, 32(1), 60–70. 

Hartstichting. (n.d.). Commissie Maatschappelijke Kwaliteit (CMK). Retrieved August 11, 2016, from http://www.
webcitation.org/query?url=https%3A%2F%2Fwww.hartstichting.nl%2Fwetenschappers%2Fcmk%23&d
ate=2017-05-02

Hendriks, C. M., & Grin, J. (2007). Contextualizing reflexive governance: The politics of Dutch transitions to 
sustainability. Journal of Environmental Policy and Planning, 9(3–4), 333–350. 

Herxheimer, A., & Goodare, H. (1999). Who are you, and who are we? Looking through some key words. Health 
Expectations, 2(1), 3–6. 

Hibbert, P. (2013). Approaching Reflexivity Through Reflection: Issues for Critical Management Education. Journal 
of Management Education (Vol. 37). 

Horlings, E., van Egmond, S., Belder, R., & van Drooge, L. (2015). Ontwikkeling van een visie op de rol van de 
Samenwerkende GezondheidsFondsen in het wetenschaps- en innovatiebeleid. Den Haag.

Howe, A., Macdonald, H., Barrett, B., & Little, B. (2006). Ensuring public and patient participation in research : a case 
study in infrastructure development in one UK Research and Development consortium. Primary Health Care Research 
and Development, 7, 60–67.

Howe, A., Mathie, E., Munday, D., Cowe, M., Goodman, C., Keenan, J., … Wilson, P. (2017). Learning to work 
together – lessons from a reflective analysis of a research project on public involvement. Research Involvement and 
Engagement, 3(1), 1. 

Thesis_Anne_Floor.indb   209 15-10-18   06:37



APPENDIX

210

Irvin, R. a., & Stansbury, J. (2004). Citizen Participation in Decision Making: Is It Worth the Effort? Public Administration 
Review, 64(1), 55–65. 

Isaac, C. A., & Franceschi, A. (2008). EBM: Evidence to practice and practice to evidence. Journal of Evaluation in 
Clinical Practice, 14(5), 656–659. 

Ives, J., Damery, S., & Redwod, S. (2013). PPI, paradoxes and Plato: who’s sailing the ship? Journal of Medical 
Ethics, 39(3), 181–185. 

James Lind Alliance. (2017). The PSPs. Retrieved February 5, 2018, from http://www.jla.nihr.ac.uk/priority-setting-
partnerships/

Jehn, K. A., Northcraft, G. B., & Neale, M. A. (1999). Why Differences Make a Difference: A Field Study of Diversity, 
Conflict, and Performance in Workgroups. Administrative Science Quarterly, 44(4), 741–763. 

Jenner, M. K., Gilchrist, M., & Baker, G. C. (2015). Practical considerations in improving research through public 
involvement. Research Involvement and Engagement, 1, 3. 

Jinks, C., Carter, P., Rhodes, C., Taylor, R., Beech, R., Dziedzic, K., & Blackburn, S. (2016). Patient and public 
involvement in primary care research - an example of ensuring its sustainability. Research Involvement and 
Engagement, 2(1), 1–12. 

Kenny, A. J. (2005). Interaction in cyberspace: An online focus group. Journal of Advanced Nursing, 49(4), 414–422. 

Kim, P. (2007). Cost of cancer care: The patient perspective. Journal of Clinical Oncology, 25(2), 228–232. 

Klerkx, L., & Leeuwis, C. (2009). Establishment and embedding of innovation brokers at different innovation system 
levels: Insights from the Dutch agricultural sector. Technological Forecasting and Social Change, 76(6), 849–860. 

Klijnsma, M. P. (1993). Foreign report Patient advocacy in the Netherlands. Psychiatric Bulletin, 17, 230–231.

Koier, E., van der Meulen, B., Horlings, E., & Belder, R. (2016). Chinese borden - Financiële stromen en 
prioriteringsbeleid in het Nederlandse universitaire onderzoek. Den Haag.

Kravitz, R. L., Duan, N., & Braslow, J. (2004). Evidence-based medicine, heterogeneity of treatment effects, and the 
trouble with averages. Milbank Quarterly, 82(4), 661–687. 

KWF Kankerbestrijding. (2015). Jaarverslag 2015. Amsterdam.

Laird, F. (1993). Participatory analysis, democray and technological decision making. Science, Technology, & Human 
Values, 18(3), 341–361.

Levitt, J. M., & Thelwall, M. (2008). Is Multidisciplinary Research More Highly Cited? A Macrolevel Study. Journal 
of the American Society for Information Science and Technology, 59(12), 1973–1984. 

Lewicki, R. J., Weiss, S. E., & Lewin, D. (2016). Models of Conflict , Negotiation and Third Party Intervention : A 
Review and Synthesis Stable, 13(3), 209–252.

Li, K. K., Abelson, J., Giacomini, M., & Contandriopoulos, D. (2015). Conceptualizing the use of public involvement 
in health policy decision-making. Social Science and Medicine, 138, 14–21. 

Lindenmeyer, A., Hearnshaw, H., Sturt, J., Ormerod, R., & Aitchison, G. (2007). Assessment of the benefits of user 
involvement in health research from the Warwick Diabetes Care Research User Group: A qualitative case study. 
Health Expectations, 10(3), 268–277. 

Lloyd, K., & White, J. (2011). Democratizing clinical research. Nature, 474(7351), 277–278. 

Loorbach, D., & van Raak, R. (2006). Strategic Niche Management and Transition Management: different but 
complementary approaches. DRIFT, Erasmus University Rotterdam, 1–20. 

Thesis_Anne_Floor.indb   210 15-10-18   06:37



References

211

 R

Loukanova, S. N., & Bridges, J. F. P. (2008). Empowerment in medicine: An analysis of publication trends 1980-2005. 
Central European Journal of Medicine, 3(1), 105–110. 

Maguire, K., & Britten, N. (2017). “How can anybody be representative for those kind of people?” Forms of patient 
representation in health research, and why it is always contestable. Social Science and Medicine, 183, 62–69. 

Malterud, K. (2001). Qualitative research: standards, challenges, and guidelines. The Lancet, 358, 483–488. 

Marlett, N., Shklarov, S., Marshall, D., Santana, M. J., & Wasylak, T. (2015). Building new roles and relationships in 
research: a model of patient engagement research. Quality of Life Research, 24(5), 1057–1067. 

Marshall, C. (1990). Goodness Criteria: Are They Objective or Judgement Calls? In E. G. Guba (Ed.), The Paradigm 
Dialog (pp. 188–197). Newbury Park, CA: Sage.

Marston, C., & Renedo, A. (2013). Understanding and measuring the effects of patient and public involvement: an 
ethnographic study. The Lancet, 382, S69. 

McCallin, A. (2001). Interdisciplinary practice – a matter of teamwork: an integrated literature review. Journal of 
Clinical Nursing, 10(4), 419–428. 

McKie, L. (2003). Rhetorical Spaces: Participation and Pragmatism in the Evaluation of Community Health Work. 
Evaluation, 9(3), 307–324. 

McLaughlin, H. (2006). Involving young service users as Co-researchers: Possibilities, benefits and costs. British 
Journal of Social Work, 36(8), 1395–1410. 

Metze, T., Schuitmaker, T. J., Bitsch, L., & Broerse, J. E. W. (2017). Breaking barriers for a bio-based economy: 
Interactive reflection on monitoring water quality. Environmental Science and Policy, 74(April 2016), 1–7. 

Miller, K. D., Siegel, R. L., Lin, C. C., Mariotto, A. B., Kramer, J. L., Rowland, J. H., … Jemal, A. (2016). Cancer 
treatment and survivorship statistics, 2016. CA: A Cancer Journal for Clinicians, 66(4), 271–289. 

Minogue, V., Boness, J., Brown, A., & Girdlestone, J. (2005). The impact of service user involvement in research. 
International Journal of Health Care Quality Assurance, 18(2), 103–112. 

Mir, G. (2016). Participatory research to reduce inequalities in maternal and birth outcomes. (J. Rademakers, Ed.). 
Vienna, Austria.

Misak, C. J. (2010). Narrative evidence and evidence-based medicine. Journal of Evaluation in Clinical Practice, 16(2), 
392–397. 

Morgan, D. L. (1998). Practical Strategies for Combining Qualitative and Quantitative Methods: Applications to Health 
Research. Qualitative Health Research, 8(3), 362–376.

Neuberger, J. (1999). Do we need a new word for patients? Lets do away with “patients”. BMJ (Clinical Research 
Ed.), 318(7200), 1756–1757. 

Nicholson, J. M., & Ioannidis, J. P. A. (2012). Conform and be funded. Nature, 492(7427), 34–36. 

Nierse, C. J., & Abma, T. A. (2011). Developing voice and empowerment: The first step towards a broad consultation 
in research agenda setting. Journal of Intellectual Disability Research, 55(4), 411–421. 

Nierse, C. J., Abma, T. a., Horemans, A. M. C., & van Engelen, B. G. M. (2013). Research priorities of patients with 
neuromuscular disease. Disability and Rehabilitation, 35, 1–8. 

Nierse, C. J., Schipper, K., van Zadelhoff, E., van de Griendt, J., & Abma, T. A. (2012). Collaboration and co-ownership 
in research: dynamics and dialogues between patient research partners and professional researchers in a research 
team. Health Expectations, 15(3), 242–254. 

Thesis_Anne_Floor.indb   211 15-10-18   06:37



APPENDIX

212

Nigam, A., Huising, R., & Golden, B. (2016). Explaining the Selection of Routines for Change during Organizational 
Search. Administrative Science Quarterly, 61(4), 551–583. 

NIHR. (n.d.). Review a research application. Retrieved April 1, 2018, from https://www.nihr.ac.uk/patients-and-public/
how-to-join-in/review-a-research-application.htm

Nowotny, H., Scott, P. B., & Gibbons, M. T. (2001). Re-Thinking Science: Knowledge and the Public in an Age of 
Uncertainty.

Nyman, S. R., Gosney, M. a, & Victor, C. R. (2010). Psychosocial impact of visual impairment in working-age adults. 
The British Journal of Ophthalmology, 94(11), 1427–1431. 

O’Donnell, M., & Entwistle, V. A. (2004a). Consumer involvement in decisions about what health-related research 
is funded. Health Policy, 70(3), 281–290. 

O’Donnell, M., & Entwistle, V. A. (2004b). Consumer involvement in research projects: The activities of research 
funders. Health Policy, 69(2), 229–238. 

O’Shea, A., Chambers, M., & Boaz, A. (2017). Whose voices? Patient and public involvement in clinical commissioning. 
Health Expectations, 20(3), 484–494. 

Ocloo, J., & Matthews, R. (2016). From tokenism to empowerment: Progressing patient and public involvement in 
healthcare improvement. BMJ Quality and Safety, 25(8), 626–632. 

Oliver, S., Milne, R., Bradburn, J. D., Buchanan, P., Kerridge, L., Walley, T., & Gabbay, J. (2001). Investigating consumer 
perspectives on evaluating health technologies. Evaluation, 7(4), 468–486. 

Paley, J. (2006). Evidence and expertise. Nursing Inquiry, 13(2), 82–93. 

Pang, T., Sadana, R., Hanney, S., Bhutta, Z. A., Hyder, A. A., & Simon, J. (2003). Knowledge for better health - A 
conceptual framework and foundation for health research systems. Bulletin of the World Health Organization, 81(11), 
815–820. 

Paul-Hus, A., Desrochers, N., de Rijcke, S., & Rushforth, A. D. (2017). The reward system of science. Aslib Journal 
of Information Management, 69(5), 478–485. 

PCORI. (2015). How we select research topics. Retrieved August 14, 2017, from http://www.webcitation.org/
query?url=http%3A%2F%2Fwww.pcori .org%2Fresearch-results%2Fhow-we-select-research-
topics&date=2017-08-14

Petit-Zeman, S., Firkins, L., & Scadding, J. W. (2010). The James Lind Alliance: Tackling research mismatches. The 
Lancet, 376(9742), 667–669. 

Pittens, C. A. C. M. (2013). Knowledge co-production in health research, policy and care practice. ’s Hertogenbosch: 
BOXPress.

Pittens, C. A. C. M., Elberse, J. E., Visse, M. A., Abma, T. A., & Broerse, J. E. W. (2014). Research agendas involving 
patients: Factors that facilitate or impede translation of patients’ perspectives in programming and implementation. 
Science and Public Policy, 41(6), 809–820. 

Pollock, A., Campbell, P., Struthers, C., Synnot, A., Nunn, J., Hill, S., … Morley, R. (2017). Stakeholder involvement 
in systematic reviews: a protocol for a systematic review of methods, outcomes and effects. Research Involvement 
and Engagement, 3(1), 9. 

Popay, J., & Collins, M. (2014). PiiAF Executive Summary. Lancaster, UK.

Popay, J., & Williams, G. (1996). Public health research and lay knowledge. Social Science & Medicine, 42(5), 
759–768.

Thesis_Anne_Floor.indb   212 15-10-18   06:37



References

213

 R

Pope, C., & Mays, N. (1995). Reaching the parts other methods cannot reach: an introduction to qualitative methods 
in health and health services research. BMJ, 311, 42–45. 

Pope, C., Ziebland, S., & Mays, N. (2000). Qualitative research in health care: Analysing qualitative data. Bmj, 320, 
114–116. 

Prior, L. (2003). Belief, knowledge and expertise: the emergence of the lay expert in medical sociology. Sociology 
of Health & Illness, 25(3), 41–57. 

Rahim, M. A. (2002). Toward a theory of managing organizational conflict. The International Journal of Conflict 
Management, 13(3), 206–235. 

Ramrattan, R. S., Wolfs, R. C., Panda-Jonas, S., Jonas, J. B., Bakker, D., Pols, H. A., … de Jong, P. T. (2001). 
Prevalence and causes of visual field loss in the elderly and associations with impairment in daily functioning: the 
Rotterdam Study. Archives of Ophthalmology, 119(12), 1788–1794. 

Raven, R., Schot, J., & Berkhout, F. (2012). Space and scale in socio-technical transitions. Environmental Innovation 
and Societal Transitions, 4, 63–78. 

Raven, R., van den Bosch, S., & Weterings, R. (2010). Transitions and strategic niche management: towards a 
competence kit for practitioners. International Journal of Technology Management, 51(1), 57–74. 

Regeer, B. J., & Bunders, J. F. G. (2009). Knowledge co-creation : Interaction between science and society. The 
Hague, The Netherlands: RMNO.

Renedo, A., & Marston, C. (2011). Healthcare Professionals’ Representations of “Patient and Public Involvement” 
and Creation of “Public Participant” Identities: Implications for the Development of Inclusive and Bottom-Up 
Community Participation Initiatives. Journal of Community & Applied Social Psychology, 21, 268–280. 

Richards, H. M., & Schwartz, L. J. (2002). Ethics of qualitative research: are there special issues for health services 
research? Family Practice, 19(2), 135–139. 

Rip, A., & Kemp, R. (1998). Technological change. In S. Rayner & E. L. Malone (Eds.), Human choice and climate 
change. Vol. II, Resources and Technology (pp. 327–399). Columbus, Ohio: Batelle Press.

Robinson, L., Newton, J., & Dawson, P. (2012). Professionals and the public: Power or partnership in health research? 
Journal of Evaluation in Clinical Practice, 18(2), 276–282. 

Rose, D. (2014). Patient and public involvement in health research: Ethical imperative and/or radical challenge? Journal 
of Health Psychology, 19(1), 149–158. 

Rosner, A. L. (2012). Evidence-based medicine: Revisiting the pyramid of priorities. Journal of Bodywork and 
Movement Therapies, 16(1), 42–49. 

Rotmans, J. (2005). Societal Innovation: between dream and reality lies complexity. Rotterdam: Erasmus Research 
Institute of Management.

Rotmans, J., Kamp, R., & van Asselt, M. (2001). More evolution than revolution: transition management in public 
policy. Foresight, 3(1), 15–31. 

Rotmans, J., & Loorbach, D. (2007). Research into the Governance of transitions: A Framework for Transition 
Management. In Transitions to Sustainable Development: New Directions in the Study of Long Term Transformative 
Change (pp. 140–161).

Rotmans, J., & Loorbach, D. (2008). Trasition Management: Reflexive governance of societal complexity through 
searching, learning and experimenting. In J. C. J. M. van den Bergh & F. R. Bruinsma (Eds.), Managing the Transition 
to Renewable Energy: Theory and Practice from Local, Regional and Macro Perspectives (pp. 15–34). Cheltenham: 
Edward Elgar Publishing.

Thesis_Anne_Floor.indb   213 15-10-18   06:37



APPENDIX

214

Rotmans, J., & Loorbach, D. (2009). Complexity and transition management. Journal of Industrial Ecology, 13(2), 
184–196. 

Rotmans, J., & Loorbach, D. (2010). Case Study II. The Dutch Energy Transition. In J. Grin, J. Rotmans, & J. Schot 
(Eds.), Transitions to Sustainable Development: New Directions in the Study of Long-Term Transformative Change 
(pp. 180–199). New York/Oxon: Routledge.

Rowe, G., & Frewer, L. J. (2000). Public Participation Methods: A Framework for Evaluation. Science, Technology & 
Human Values, 25(1), 3–29.

Rubin, G., Bandeen Roche, K., Munoz, B., Huang, G., Schein, O., Fried, L., & West, S. (2001). The association of 
multiple visual impairments with subjective physical disability: SEE project. Invest Ophthal Vis Sci, 42(1), 64–72.

Rycroft-Malone, J., Seers, K., Titchen, A., Harvey, G., Kitson, A., & McCormack, B. (2004). What counts as evidence 
in evidence-based practice? J. Adv. Nurs., 47(1), 81–90.

Sackett, D. L., Rosenberg, W. M., Gray, J., Haynes, B., & Richardson, W. S. (1996). Evidence Based Medicine: What 
it is and what it isn’t. Bmj, 312(7023), 71–72. 

Sacristán, J. A., Aguarón, A., Avendaño-solá, C., Garrido, P., Carrión, J., Gutiérrez, A., … Flores, A. (2016). Patient 
involvement in clinical research: why, when, and how. Patient Preference and Adherence, 10, 631–640.

Sandelowski, M. (1986). The problem of rigor in qualitative research. Advances in Nursing Science, 8(3), 27–37.

Sandelowski, M. (1993). Rigor or rigor mortis: The problem of rigor in qualitative research revisited. Advances in 
Nursing Science, 16(2), 1–8.

Saunders, C., Girgis, A., Butow, P., Crossing, S., & Penman, A. (2007). Beyond scientific rigour: Funding cancer 
research of public value. Health Policy, 84(2–3), 234–242. 

Schoemaker, C., Prakken, B., & van Furth, E. (2017). Patiënten en dokters maken samen een onderzoeksagenda. 
Nederlands Tijdschrift Voor Geneeskunde, 161(D1764), 1–5.

Schölvinck, A. F. M., de Graaff, B. M. B., van den Beld, M. J., & Broerse, J. E. W. (minor revisions). Research in 
haematological cancers: what do patients in the Netherlands prioritize? European Journal of Cancer Care.

Schölvinck, A. F. M., Petit-Steeghs, V., Smit, E., Schuitmaker, T. J., & Broerse, J. E. W. (2017). Handreiking 
Patiëntenparticipatie in een (academisch) ziekenhuis. Amsterdam, VU University.

Schölvinck, A. F. M., Pittens, C. A. C. M., & Broerse, J. E. W. (2017). The research priorities of people with visual 
impairments in the Netherlands. Journal of Visual Impairment and Blindness, 111(3).

Schot, J., & Geels, F. W. (2007). Niches in evolutionary theories of technical change: A critical survey of the literature. 
Journal of Evolutionary Economics, 17(5), 605–622. 

Schuitmaker, T. J. (2012). Identifying and unravelling persistent problems. Technological Forecasting and Social 
Change, 79(6), 1021–1031. 

Schuitmaker, T. J. (2013). Persistent problems in the Dutch health care system: learning from novel practices for a 
transition in health care with the UPP framework. Amsterdam.

Scientific and Ethical Review Board (2016). Code of ethics for research in the social and behavioural sciences involving 
human participants. Amsterdam.

Scott, A. M., & Wale, J. L. (2017). Patient advocate perspectives on involvement in HTA: an international snapshot. 
Research Involvement and Engagement, 3(2). 

Shah, S. G. S., & Robinson, I. (2007). Benefits of and barriers to involving users in medical device technology 
development and evaluation. International Journal of Technology Assessment in Health Care, 23(1), 131–137. 

Thesis_Anne_Floor.indb   214 15-10-18   06:37



References

215

 R

Siegel, R. L., Miller, K. D., & Jemal, A. (2016). Cancer statistics. CA Cancer J Clin, 66(1), 7–30. 

Sight Loss and Vision Priority Setting Partnership. (2013). Setting Priorities for Eye Research. London (United 
Kingdom).

Smakman, D.; M. van der Meulen (2017). “The elusive dialect border. Drawing outlines in changing sociolinguistic 
settings”. In Reem Bassiouney (Ed.) Identity and Dialect Performance: A Study of Communities and Dialects. 
Abingdon: Routledge.

Smith, A. F. (2007). Translating sustainabilities between green niches and socio-technical regimes. Technology Analysis 
and Strategic Management, 19(4), 427–450. 

Smith, E., Ross, F., Donovan, S., Manthorpe, J., Brearley, S., Sitzia, J., & Beresford, P. (2008). Service user involvement 
in nursing, midwifery and health visiting research: A review of evidence and practice. International Journal of Nursing 
Studies, 45(2), 298–315. 

Smith, Y. R., Johnson, A. M., Newman, L. A., Greene, A., Johnson, T. R. B., & Rogers, J. L. (2007). Perceptions of 
Clinical Research Participation among African American Women. Journal of Women’s Health, 16(3), 423–428. 

Snape, D., Kirkham, J., Preston, J., Popay, J., Britten, N., Collins, H. M., … Jacoby, A. (2014). Exploring areas of 
consensus and conflict around values underpinning public involvement in health and social care research: a modified 
Delphi study. BMJ Open, 4(1), e004217. 

Staley, K., & Doherty, C. (2016). It’s not evidence, it’s insight: bringing patients’ perspectives into health technology 
appraisal at NICE. Research Involvement and Engagement, 2(4), 1–12. 

Stenberg, U., Ruland, C., & Miaskowski, C. (2010). Review of the literature on the effects og caring for a patient 
with cancer. Psycho-Oncology, 19(10), 1013–1025.

Stringer, E. T. (1996). Action Research. A Handbook for Practioners. SAGE Publications.

Supple, D., Roberts, A., Hudson, V., Masefield, S., Fitch, N., Rahmen, M., … Wagers, S. (2015). From tokenism to 
meaningful engagement: best practices in patient involvement in an EU project. Research Involvement and 
Engagement, 1(5), 1–9. 

Syrett, K. (2003). A Technocratic Fix to the “Legitimacy Problem”? The Blair Government and Health Care Rationing 
in the United Kingdom. Journal of Health Politics, Policy and Law, 28(4), 715–746. 

Tallis, R. (1999). Commentary: leave well alone. BMJ (Clinical Research Ed.), 318(7200).

Tallon, D., Chard, J., & Dieppe, P. (2000). Relation between agendas of the research community and the research 
consumer. Lancet, 355, 2037–2040. 

Telford, R., Beverley, C. A., Cooper, C. L., & Boote, J. D. (2002). Consumer involvement in health research: fact or 
fiction? British Journal of Clinical Governance, 7(2), 92–103. 

Teunissen, T., Visse, M. A., de Boer, W. I., & Abma, T. A. (2013). Patient issues in health research and quality of care: 
An inventory and data synthesis. Health Expectations, 16(4), 308–322. 

Teunissen, T., Visse, M. A., Laan, D., de Boer, W. I., Rutgers, M., & Abma, T. A. (2013). Patient involvement in lung 
foundation research: A seven year longitudinal case study. Health, 5(2), 320–330. 

Thompson, A. G. H. (2007). The meaning of patient involvement and participation in health care consultations: A 
taxonomy. Social Science and Medicine, 64(6), 1297–1310. 

Thompson, J., Barber, R., Ward, P. R., Boote, J. D., Cooper, C. L., Armitage, C. J., & Jones, G. L. (2009). Health 
researchers’ attitudes towards public involvement in health research. Health Expectations, 12(2), 209–220. 

Thompson Klein, J., Grossenbacher-Mansuy, W., Häberli, R., Bill, A., Scholz, R. W., & Welti, M. (Eds.). (2001). 
Transdisciplinarity: Joint Problem Solving among Science, Technology, and Society. Basel: Birkhauser.

Thesis_Anne_Floor.indb   215 15-10-18   06:37



APPENDIX

216

Toro, J. R., Travis, L. B., Hongyu, J. W., Zhu, K., Fletcher, C. D. M., & Devesa, S. S. (2006). Incidence patterns of soft 
tissue sarcomas, regardless of primary site, in the Surveillance, Epidemiology and End Results program, 1978-2001: 
An analysis of 26,758 cases. International Journal of Cancer, 119(12), 2922–2930. 

Tritter, J. Q., & McCallum, A. (2006). The snakes and ladders of user involvement: Moving beyond Arnstein. Health 
Policy, 76(2), 156–168. 

van de Bovenkamp, H. M., Trappenburg, M. J., & Grit, K. J. (2010). Patient participation in collective healthcare 
decision making: The Dutch model. Health Expectations, 13(1), 73–85. 

van den Bosch, S. (2010). Transition Experiments. Drift (Vol. PhD Thesis).

van den Bosch, S., & Rotmans, J. (2008). Deepening , Broadening and Scaling up. A framework for steering transition 
experiments. Knowledge Centre for Sustainable System Innovations and Transitions (KCT).

van Merode, T., Bours, S., van Steenkiste, B., Sijbers, T., van der Hoek, G., Vos, C., … van der Weijden, T. (2016). 
Describing patients’ needs in the context of research priorities in patients with multiple myeloma or Waldenstrom’s 
disease: A truly patient-driven study. Zeitschrift Für Evidenz, Fortbildung Und Qualität Im Gesundheitswesen, 112, 
11–18. 

van Mierlo, B., Janssen, A., Leenstra, F., & van Weeghel, E. (2013). Encouraging system learning in two poultry 
subsectors. Agricultural Systems, 115, 29–40. 

van Mierlo, B., Regeer, B. J., van Amstel, M., Arkesteijn, M., Beekman, V., Bunders, J. F. G., … Leeuwis, C. (2010). 
Reflexive Monitoring in Action. A Guide for Monitoring System Innovation Projects. Wageningen & Amsterdam: 
Communication and Innovation Studies, WUR & Athena Institute, VU.

van Raak, R. (2010). The transition (management) perspective on long-term change in health care. In J. E. . Broerse 
& J. F. G. Bunders (Eds.), Transitions in Health Systems: Dealing with Persistent Problems (pp. 49–86). Amsterdam: 
VU University Press.

van Raak, R. (2016). Transition Policies: Connecting System Dynamics, Governance and Instruments in an Application 
to Dutch Healthcare. Rotterdam: Erasmus University Rotterdam.

van Veen, S. C., de Wildt-Liesveld, R., Bunders, J. F. G., & Regeer, B. J. (2014). Supporting reflective practices in 
social change processes with the dynamic learning agenda : an example of learning about the process towards 
disability inclusive development. International Journal of Learning and Change, 7(3/4), 211–233.

Vermij S. H., Abriel H., van Veen T. A. (2017). Refining the molecular organization of the cardiac intercalated disc. 
Cardiovasc Res., 113(3):259-275.

von Schomberg, R. (2013). A Vision of Responsible Research and Innovation. In R. Owen, J. Bessant, & M. Heintz 
(Eds.), Responsible Innovation: managing the responsible emergence of science and innovation in society (pp. 51–74). 
West Sussex: John Wiley and Sons Ltd.

VSNU. (2014). Uitkomsten feitenonderzoek matchingbehoefte op (Europese) onderzoeksubsidies. The Hague, The 
Netherlands.

Vuolanto, P. (2015). Boundary Work and Power in the Controversy Over Therapeutic Touch in Finnish Nursing Science. 
Minerva, 53(4), 359–380. 

Wald, H. L., Leykum, L. K., Mattison, M. L. P., Vasilevskis, E. E., & Meltzer, D. O. (2014). Road map to a patient-
centered research agenda at the intersection of hospital medicine and geriatric medicine. Journal of General Internal 
Medicine, 29(6), 926–931. 

Ward, P. R., Thompson, J., Barber, R., Armitage, C. J., Boote, J. D., Cooper, C. L., & Jones, G. L. (2010). Critical 
perspectives on “consumer involvement” in health research. Journal of Sociology, 46(1), 63–82. 

Webler, T., & Tuler, S. (2000). Fairness and Competence in Citizen Participation. Administration & Society, 32(5), 
566–595.

Thesis_Anne_Floor.indb   216 15-10-18   06:37



References

217

 R

Wehrens, R. (2014). Beyond two communities - from research utilization and knowledge translation to co-production? 
Public Health, 128(6), 545–551. 

Westrum, R. (2004). A typology of organisational cultures. Quality and Safety in Health Care, 13, ii22-ii27. 

Whitstock, M. T. (2003). Seeking evidence from medical research consumers as part of the medical research process 
could improve the uptake of research evidence. Journal of Evaluation in Clinical Practice, 9(2), 213–224. 

Whittemore, R., Chase, S. K., & Mandle, C. L. (2001). Validity in qualitative research. Qualitative Health Research, 
11(4), 522–537. 

Wieringa, N., Hardon, A., Stronks, K., & M’charek, A. (2005). Diversity among patients in medical practice: Challenges 
and implications for clinical research. Amsterdam.

Williams, R. A., Brody, B. L., Thomas, R. G., Kaplan, R. M., & Brown, S. I. (1998). The psychosocial impact of macular 
degeneration. Archives of Ophthalmology, 116(4), 514–520. 

Williams, S. J., Martin, P., & Gabe, J. (2011). The pharmaceuticalisation of society? A framework for analysis. Sociology 
of Health and Illness, 33(5), 710–725. 

Williamson, C. (2001). What does involving consumers in research mean? QJMed, 94(12), 661–664. 

Williamson, C. (2008). The patient movement as an emancipation movement. Health Expectations, 11(2), 102–112. 

Wilson, H. J. (2000). The myth of objectivity: is medicine moving towards a social constructivist medical paradigm? 
Family Practice, 17(2), 203–209. 

Wright, D., Corner, J., Hopkinson, J., & Foster, C. (2006). Listening to the views of people affected by cancer about 
cancer research: An example of participatory research in setting the cancer research agenda. Health Expectations, 
9(1), 3–12. 

Wynne, B. (2007). Dazzled by the mirage of influence?STS-SSK in multivalent registers of relevance. Science 
Technology and Human Values, 32(4), 491–503. 

Yin, R. K. (2006). Case Study Reserach - Design and Methods (Second Edi). London: SAGE Publications. 

Zietsma, C., & Lawrence, T. B. (2010). Institutional Work in the Transformation of an Organizational Field: The Interplay 
of Boundary Work and Practice Work. Administrative Science Quarterly, 55(2), 189–221.

ZonMW. (2017). Beleidsspeerpunt participatie. Retrieved April 19, 2017, from http://www.webcitation.org/
query?url=https%3A%2F%2Fwww.zonmw.nl%2Fnl%2Fover-zonmw%2Fparticipatie%2F&date=2017-05-02

Zucca, A., Sanson-Fisher, R., Waller, A., Carey, M., & Boadle, D. (2017). The first step in ensuring patient-centred 
quality of care: Ask the patient. European Journal of Cancer Care, (26), 1–13. 

Zwaard, W. van der (2013). Van rechtsgrond tot grondrecht. Sociale wetgeving en het dilemma van particulariteit 
(1840-1960). Den Haag: Raad voor Maatschappelijke Ontwikkeling.

Thesis_Anne_Floor.indb   217 15-10-18   06:37



APPENDIX

218

DANKWOORD 

Het schrijven van dit proefschrift vond ik bij vlagen een eenzame onderneming: uren achter 

je laptop, met alleen je Mendeley, je data en je hersenspinsels om je gezelschap te houden. 

Gelukkig is dat slechts de halve werkelijkheid; zéker met patiëntparticipatie als onderwerp 

zijn er veel mensen die zich tegen zo´n boekje aanbemoeien. Dit is de plek om hen daarvoor 

te bedanken. 

In de eerste plaats ben ik natuurlijk dank verschuldigd aan mijn promotor Jacqueline. Ik 

solliciteerde bij het Athena met veel enthousiasme maar nauwelijks kennis van zaken; toch 

heb je me destijds het vertrouwen gegeven dat ik het eerste project, en later deze promotie, 

tot een fatsoenlijk einde zou brengen. Je gedetailleerde feedback op artikelen en andere 

schrijfsels kon ik daarbij goed gebruiken. Dank daarvoor. Tjerk Jan, jij hebt me altijd het 

idee weten te geven dat ik tijdens onze brainstormsessies zelfstandig tot nieuwe inzichten 

kwam (of dat daadwerkelijk het geval was, durf ik te betwijfelen). Jouw type begeleiding 

kwam precies op het goede moment, evenals je stevige theoretische bagage waar ik op 

kon bouwen en je vermogen om mij in paniekerige momenten te kalmeren. Superveel 

dank, ik heb heel veel van je geleerd! Ook van mijn andere coauteurs heb ik veel geleerd; 

Carina, jij nam me met zorg bij de hand in de wereld van de patiëntenparticipatie en later 

waren je bijdragen aan mijn artikelen altijd constructief. Bert, jouw sociologische perspectief 

was een nuttige bijdrage aan ons Hematon-artikel en ik vond het schrijven van dit manuscript 

een hele fijne samenwerking. Mechteld, jij kent de patiëntenwereld van binnenuit en kon 

hierdoor een unieke bijdrage leveren aan het Hematon-artikel. Ook onmisbaar voor het 

slagen van dit proefschrift waren natuurlijk de leden van de leescommissie – Marjolein 
Zweekhorst, Fedde Scheele, Frank Miedema, Anneloes Roelofsen, Lenneke Vaandrager 
– dank voor de tijd en aandacht die jullie aan dit proefschrift hebben besteed.

Drie mensen hebben de artikelen en hoofdstukken in dit proefschrift ge-edit: bedankt, 

Sarah, Astrid en Aysha. Twee zéér bekwame vormgevers hebben zich over het uiterlijk 

van dit boekje bekommerd: dank aan Wendy en Basten.

Het mooiste van mijn promotie was dat ik de kans kreeg samen te werken met allerlei 

interessante mensen in de projecten die de basis vormen van dit proefschrift. Zonder 

patiënten, geen patiëntparticipatie. Bij het Erasmus-project was ik diep onder de indruk 

van de bevlogenheid en levenswijsheid van Harry, Gerard, Stefanie, en Paul. De 

Oogvereniging en de Maculavereniging kunnen bogen op een club zeer betrokken 

vrijwilligers, waaronder Tine, Geert, Else, Véronique, Rob, Bram en Peter. Datzelfde geldt 

voor Hematon, waar ik samenwerkte met Mechteld, Cécile, Jan, Annelies, Hans en Eddy. 

Ook de wijsheid en betrokkenheid van de PACO-leden heb ik enorm gewaardeerd; ik ben 

in het bijzonder dank verschuldigd aan Mariëlle, Derk-Jan, Matthijs†, Petra, Cécile, Jos, 

en Sjoukje, die naast hun vrijwilligerswerk voor de PACO ook altijd tijd vonden voor mijn 

bemoeienissen. Tot slot bedank ik graag de vele deelnemers aan interviews, werksessies, 
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en focusgroepen, respondenten van enquêtes, en anderen die de projecten tot een succes 

maakten en mij inzicht verschaften in patiëntenparticipatie in het echte leven. 

Naast deze ervaringsdeskundigen heb ik veel geleerd en genoten van de samenwerking 

met beleidsmedewerkers, onderzoekers en artsen. Bij KWF Kankerbestrijding waren daar 

de medewerkers die zich met hart en ziel voor de PACO inzetten; Susan, Dave, Michelle, 

en Eeke. Speciale dank gaat uit naar Anneloes: jouw professionele houding en scherpe 

analytische blik, gecombineerd met je empathie zijn voor mij echt een voorbeeld. Dank 

ook aan Janneke voor het mij aanraden van het Athena Instituut toen ik nog voor de 

Hersenstichting werkte. In Rotterdam, bij het Erasmus MC Kanker Instituut, ontmoette ik 

professionals voor wie patiëntenparticipatie weliswaar geen core business was, maar die 

daarom niet minder toegewijd waren: Inge, Stefan, Cees en Melissa. Dank aan Jochem 

en Stephanie voor de visuele vertaling en vormgeving van onze handreiking: het resultaat 

is prachtig! Bij de Oogvereniging waren Peter en later Joep, en ook Jenny onmisbare 

krachten. 

In aanvulling op al deze mensen buiten de muren van de VU, waren ook mijn Athena-

collega’s van onschatbare waarde. Tijdens de OWLs en intervisies leerde ik altijd weer iets 

nieuws, en ik kwam er altijd met nieuwe energie en frisse moed vandaan. De ontelbare 

gezamenlijke lunches en borrels hielpen juist weer al dat academische geleuter in 

perspectief te plaatsen. Mijn huppeltjes door de gang waren welgemeend: ik heb met veel 

plezier op het Athena Instituut gewerkt en dat was grotendeels dankzij jullie, toffe, 

inspirerende collega’s! Wieke, Anne, Linda en Violet, onze schrijfmarathon in de buurt 

van Nijmegen was niet alleen productief, maar ook erg gezellig :) Méér trampolines in deze 

wereld s.v.p. Eveline, ik vond het superleuk dat je de upgrade van scriptiestudent naar 

collega maakte. Eva Maassen, wij liepen vrijwel gelijk op in de laatste fase, het was zó fijn 

een buddy te hebben tijdens die eenzame lange schrijfdagen... Jij ook gefeliciteerd met je 

boekje! Pim, leuk dat we samen de OWLs konden organiseren. Christien, dank voor je 

immer luisterende oor als ik je kantoortje binnenstapte. Lia, jouw begeleiding in het KWF-

project was van korte duur, maar niet minder gewaardeerd! En daarnaast, in willekeurige 

volgorde: dankjulliewel Willemijn, Jantien, Eva Lems, Anna, Nicole, Ona, Aafke, Arnout, 
Durwin, Floor, Lisa, Sabrina, Emmy, Sarah, Barbara, Marianne, Wanda, Inge, Asia, 

Nienke, Femke, Sara, Ronella. Uiteraard horen ook mijn oud-stagiairs in dit rijtje thuis; 

Linda en Marleen, ik vond het leuk met jullie een eindje verderop te helpen op weg naar 

je (welverdiende) MSc-titel. En het secretariaat en Astrid, niet te vergeten: dank voor jullie 

inspanningen wat orde te brengen in de chaos die het Athena Instituut lijkt te definiëren. 

There are two colleagues I was lucky enough to share U-519 with for over three years: 

Lana and Violet, you’ve both been (and continue to be!) amazing as supporters in hard 

times, cheerleaders in good times, and friends at all times. It’s impossible to thank you for 

the countless times you dropped everything out of your hands to simply be a sympathetic 

ear. Dearest paranymphs, I’m very glad you’re supporting me on the PhD-defense stage, 
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the same way you’ve supported me during my PhD. Lana, let’s please stay in touch, if only 

for the amazing wedding cakes you bake :) En Violet, wat een geluk dat wij op dezelfde 

kamer belandden. We konden goed sparren in het Erasmus-project, we konden goed 

sleuren aan het (soms dode) paard dat ‘intervisies’ heette, als het nodig was konden we 

goed uithuilen, en we konden vooral ook goed lachen. 

Gelukkig bestond er de afgelopen jaren ook nog zoiets als vrije tijd. Die was over het 

algemeen dik gevuld met etentjes, concertjes (spelend of luisterend), feestjes, borrels, 

tournees. Lieve vriend(inn)en, PEPpers, kwartetgenootjes: dank voor de gezelligheid, 

voor het relativeren, voor soms het medeleven, voor het verzetten van m’n zinnen. 

Zussies! Deze kleine bijdehante spuitelf is in 2018 toch echt wel volwassen geworden, 

dat kunnen jullie niet ontkennen. Gelukkig blijf ik in jullie ogen gewoon de Benjamin en die 

rol zit me als gegoten. Ik bof enorm met jullie alledrie. 

Lieve Annet en Eduard, dankjulliewel! Het doel was ons allemaal een fatsoenlijke opleiding 

mee te geven, zat daar een dr.-titel soms bij inbegrepen?! Het was af en toe nodig bij jullie 

stoom af te blazen: helaas heb ik van onze bel-maar-op-het-station-afspraak regelmatig 

gebruik gemaakt. Eigenlijk was het uitrazen dan al genoeg, evenals jullie vanzelfsprekende 

vertrouwen dat het weer goed zou komen. 

En tot slot: Marten! Hoera! Het boekje is af, eindelijk. Het is ongelofelijk hoe je mijn 

eigenwijsheid hebt getolereerd en me bleef steunen met kopjes thee, advies en 

aanmoediging. De eindeloze gesprekken tijdens wandelingen door het Amsterdamse bos 

en fietstochtjes langs de Vecht hielpen me vaak inzien dat ik voor mezelf op moest komen. 

Er valt nog genoeg van je te leren... maar het is vooral zó fijn dat we zo’n beroep op elkaar 

kunnen doen, en gelukkig ook gewoon nog blijven dansen in de keuken. Heel veel!
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