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What I noticed during the first meeting was that you involved us. That we could tell you when 

we did not understand something or when you were using difficult words. I felt I was part of 

the team. (…) Preparing the interviews was difficult. We would practice, but I noticed that 

using a questionnaire was not easy. And we had to learn how to probe. (…) The first interview 

was difficult, because the young man kept arranging his toy cars. (…) I said “can we sit down 

on your couch?” and he said “sit down” and we could start with the interview. (…) During 

the next interview I asked the girl if she was allowed to see her boyfriend. She responded by 

telling us about her family not allowing her to see her boyfriend. She told us a lot. That 

interview went well, it was easier for me. (…) Then we interviewed a guy who showed us the 

institution where he lived. But during the interview he was only looking at you (CN). He asked 

you if you were my supervisor. Then I said “no, we are colleagues”. After the interview we 

discussed this. He was actually very occupied with his supervision. (…) 

And then with the focus groups, we had made a protocol but it changed about ten times. I 

became a bit irritated because, which version do we use now? We discussed it in a meeting 

but later it kept changing. But I chaired the focus group and ultimately we decided how we 

were going to do it. You involved us in every decision. (…) What I liked was when I talked 

about my life. Out of the blue I told you things and we discussed it. You said that you were 

glad that I shared this with you. Then I noticed that you learned about my life and the things 

that I went through.  

 

In this story Michiel reflects on his experiences as a member of our research team. Michiel 

is a member of the Dutch Association of Self Advocates (Landelijke Federatie 

Belangenverenigingen Onderling Sterk) and he participated in one of the research projects 

that formed the basis of this dissertation. Some of his reflections might ring a bell to anyone 

that has ever participated in a research team whereas other reflections show a more unique 

perspective on research and on the value of research processes. It is not self-evident that 

“people like Michiel” with a non-research specific background are involved in research 

processes. However several developments showed a growing interest in involving the 

perspectives of people with a disability or disease in policy, health care practices and 

  

research. More recently also more active forms of user participation in research gained an 

interest.  

 

1.1 DEVELOPMENTS IN PATIENT, PHYSICIAN AND RESEARCHER RELATIONSHIPS  

From the 1970s onwards, deliberative and dialogic understandings on patient-physician 

relationships in health care emerged, replacing paternalistic medicine where the physician 

is considered  a guardian for his patients (Emanuel & Emanuel, 1992; Widdershoven & 

Pieters, 2018). Patient preferences and values became more prominent in clinical decision 

making; which reflected also in development of evidence based medicine (EBM) and 

evidence based practice (EBP) (Munten, Kuiper, & Verhoef, 2016; Offringa, Assendelft, & 

Scholten, 2008). In the 1990s a growing body of literature concerning EBM evolved as an 

important tenant of health care, aiming to implement reliable, objective and scientifically 

sound research findings in clinical practice (Sackett & Rosenberg, 1995). It has been 

implemented to counter the influence of bias and unfounded opinions in health care and to 

protect patients from arbitrary or ad hoc decisions made by health professionals. Munten 

(2012) states the importance of combining scientific evidence with other sources of 

evidence, meaning the preferences of patients and the expertise of health care 

professionals, when implementing EBP. Clinical decision making should aim to integrate 

these three sources of evidence and also take the context into account, rather than 

considering one source dominant (Munten, 2012; The Council for Public Health and Society, 

2017).  

 

On the side of health care research, it became clear that on many occasions, the best 

available evidence is actually not available or even overlooked in research processes, 

stemming from a mismatch between agendas set by the research community and questions 

that arise from interactions between patients and physicians (Evans, Thornton, & Chalmers, 

2010). In the UK, the James Lind Alliance was set up in order to encourage physicians and 

patients to work together in partnerships and to prioritize research questions that they 

consider important (Buckley, 2005; Liberati, 2011). However “working together” can prove 
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challenging. In the field of health care services research, a pointing example is provided by 

Beresford (2007), who describes how the views and wishes of service users living in an 

institution for more autonomy and independence, were ignored and branded as ‘unrealistic’ 

by researchers. In adhering to a medical perspective on disability, the researchers, according 

to the service users, neglected the broader barriers to inclusion, like social and political 

circumstances. Furthermore, the inclusion of their perspectives proved no easy task during 

the research process: “There is a difficulty [for service providers] in finding the right research 

method to ensure that people who use services are able to express their needs properly. How 

the questions are put is very important. […] Service providers need another method to make 

sure that they get users’ real ideas out.” (service user, as quoted by Beresford, 2007, p. 337). 

 

Researchers also became more aware of the difficulties of translating research outcomes to 

practice (Institute of Medicine, 2003). Gradually researchers noticed that incorporating the 

perspectives of people that would ultimately make use of care, policy initiatives and 

research findings would improve the applicability and legitimacy of research outcomes 

(Raad voor Gezondheidsonderzoek, 2007). Also in this respect, it was suggested that more 

involvement of patients in developing and prioritizing research topics, in collecting and 

analyzing results, and in the dissemination of research could prevent mismatches between 

research priorities of researchers and of patients (Grant-Pearce, Miles, & Hills, 1998). As a 

result, new, more active roles for users have evolved in research, apart from the user as a 

passive recipient of research results or being a participant in clinical trials (Institute of 

Medicine, 2003). One of these roles is that of a research partner, cooperating equally in 

research teams. Another role is the user as an advisor in reviewing committees or steering 

groups. These new roles of users in research resulted in a growing acceptance of alternative 

voices in health care policy, and in policy promoting the inclusion of user perspectives in 

care (Teunissen, Visse, de Boer, & Abma, 2013; ZonMw, 2006). This is often phrased in a 

shift from supply-oriented care to demand-oriented care. In the research arena, this has 

been regarded as a move from an institution-centric and investigator-centric system to one 

that is more patient-centric (Institute of Medicine, 2003).  

  

1.2 DEVELOPMENTS IN THE NETHERLANDS 

In the Netherlands, the Organization for Health Research and Development (ZonMw) has 

had a leading role when it comes to promoting user involvement in research (ZonMw , 

2006). A separate research program on patient participation had been established, with its 

own calls for research proposals. In other ZonMw research programs a benchmark for 

research proposals has been added, which requires researchers to explain how their 

research can be beneficial in patients’ lives. Also users are included as members or advisors 

in ZonMw committees that review research proposals. A number of researchers have 

worked on defining patient involvement and fostering partnerships between the research 

community and patient communities (Abma & Broerse, 2010; Bakker, 2016; Caron-

Flinterman, 2005; Elberse, 2012; Pittens, 2013; Schipper, 2012; Visse, 2012). Special 

attention should be paid to the work of experience based experts, who set out their own 

research paths and collaborations and making themselves heard within research 

communities (de Wit, 2014; Teunissen, 2014).  

 

In the field of patient associations, most have generally held tasks like informing and 

educating their patients and the public, advocacy and improving care services. In the 

Netherlands, patient associations also collect money for funding research. Sometimes 

patient associations receive funds from larger disease specific funding organizations. On 

other occasions user associations play a facilitating role, linking clinicians with researchers. 

For example, the Dutch Association for People with Neuromuscular diseases, brought 

patients with neuromuscular diseases, researchers, neurologists and rehabilitation 

physicians together in order to design a brochure aimed at general practitioners, educating 

them on rare neuromuscular diseases.  

 

However, the growing attention for users’ needs and perspectives raises the need to 

develop methods for incorporating them in developing research agendas. A key policy 

document from the Dutch Advisory Council on Health Research mentions: “These activities 

(consulting users on research) thus far have not taken place systematically. The council holds 
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the opinion that more systematic experiences with user participation in research and 

supporting user groups in doing this, will improve the effectiveness and efficiency of 

participation.” (Raad voor Gezondheidsonderzoek, 2007, p.1). Especially when it comes to 

involving vulnerable or marginalized groups in research, knowledge on how to facilitate this 

is lacking (Read & Maslin-Prothero, 2011). From the side of researchers, it is often unclear 

how they can find out about users’ needs and how to engage in a genuine dialogue with 

users. From the side of users, difficulties arise for example when they were not involved in 

the first talks or drafts of research proposals and are invited in a later phase. Starting with a 

lack of theoretical knowledge concerning research processes, they also have to deal with 

decisions that were made in the earliest phases, for example in setting the goals of the 

research and defining the focus.  

 

Some critical voices have emerged (Trappenburg, 2008; van de Bovenkamp, 2010), 

questioning whether patient associations are sufficiently equipped to respond to this type 

of active involvement in research, and whether they even want to be involved in agenda 

setting. They also express the fear that involvement in research might interfere with other 

activities, like advocacy and facilitating support groups, and question whether users are 

capable of influencing the research agenda (van de Bovenkamp, 2010). Possible negative 

effects mentioned include pseudo-participation (users who participate in name only, but 

who are not able to exert real influence) and tokenism (researchers deducing the 

perspectives of users, without checking these or actually consulting them). Ultimately this 

could lead to disempowerment or even exploitation of users.  

 

This dissertation focuses on health research agenda setting. Three case studies on this topic 

form the groundwork of this dissertation and they focus on the signaling and prioritizing 

phases of the research cycle, as described by the Dutch Advisory Council on Health Research 

(Raad voor Gezondheidsonderzoek, 2007) (fig. 1). Specifically in these phases users are 

exempted or overlooked, although these phases are of strategic value in order to exert any 

  

influence in following research processes and outcomes (Grant-Pearce et al., 1998; Institute 

of Medicine, 2003).   

 

 
Figure 1.1 The research cycle (Raad voor Gezondheidsonderzoek, 2007, p. 11) 

 

The case studies share a two-fold goal: user involvement in establishing an agenda for 

research, and fostering research partnerships during the agenda setting process. It is for this 

reason that I also reflect extensively on the partnerships and dialogue within the research 

teams. I aim to illuminate what it means for research partners to be included in research as 

team members and also what I as an professional researcher learned during this process.  

As I will show in the next paragraphs, different models exist for user participation in research 

agenda setting: in paragraph 2.1 I describe the model of agenda setting through 

consultation of users, in paragraph 2.2 I explain how agenda setting for research is 

established through collaboration and dialogue and in paragraph 2.3 I describe the model 

of users who are in control of research agenda setting.  

The case studies depart from the second model of involving users through collaboration and 

dialogue. In this approach I focus on dialogues in three areas. Firstly, I study a dialogue 
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between users about (possible) topics for research. Secondly, I reflect on dialogue within 

my own research team that facilitated the agenda setting processes and lastly, I study a 

dialogue between health care researchers and users about the content of research agendas. 

These dialogues might overlap, meaning that issues emerging from the dialogue between 

users, might be input for the dialogue within the research team. Figure 2 illustrates this.  

 

 
Figure 1.2 Forms of dialogue 

 

1.3 THE CONCEPTS OF USERS, RESEARCH PARTNERS, AND ACADEMIC RESEARCHERS 

A plethora of terms is used when referring to groups which are  actively involved in research 

based on their own experiences. Common terms include: patients, users, clients, 

consumers, survivors, advocates, activists, citizens or lay persons. When it comes to their 

role in research, the terms vary from “(patient) research partners” to “expert patients”, 

“research advocates” or “lay researchers”. None of these terms can be considered neutral. 

People with disabilities can reject the term “patient” as a label, because of its emphasis on 

disease and on being a passive recipient of care. When speaking of clients or consumers, 

one presumes that this concerns people who can choose from a range of health services 

and possess purchasing power, which may not do justice to the situation of being dependent 

  

on the supply of health care. A distinction can be made between terms that refer to 

relationships with certain services (e.g. patient, client, consumer) and terms that reflect 

people’s identity (e.g. citizen, survivor) (Barnes & Cotterell, 2012).  

 

In this dissertation I focus on people who are involved in research agenda setting because 

of their experiential knowledge. This concerns knowledge that is based on first-hand 

experience with a disability or illness that influences their daily lives (Caron-Flinterman, 

2005; Turner & Beresford, 2005). I denote this group with the term “user”, since the people 

involved have experienced using health care services, and can be considered the end-users 

of research findings. I acknowledge that the term “user” also has a passive connotation, 

emphasizing “use” and disregarding the contribution that people can make in the research 

process. Also it does not account for the different and changing identities that people hold. 

On the other hand, I consider it in this case as the most suitable term, relating to people 

with specific experiences with disability and illnesses in their daily lives.  

I also mention research partners and academic researchers. Research partners are users 

who are active members of research teams, participating equally in every or most phases of 

a research process. Academic researchers are researchers who have an academic 

background, hold a job at a university and who are not involved in research because of their 

experiences with a disability or illness.  

 

1.4 APPROACHES FOR USER INVOLVEMENT IN RESEARCH AGENDA SETTING 

A number of approaches and models can be found in the literature about user involvement 

in research. A well-known model is Arnstein’s ladder for citizen participation (Arnstein, 

1969), which distinguishes various degrees of participation: manipulation and therapy (non 

participation), informing, consultation and placation (tokenism), partnership, delegated 

power and citizen control. Participation is framed as a struggle of power between citizens 

and policymakers or people in government, and the different steps are arranged 

hierarchically.  
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On the other hand, I consider it in this case as the most suitable term, relating to people 

with specific experiences with disability and illnesses in their daily lives.  

I also mention research partners and academic researchers. Research partners are users 

who are active members of research teams, participating equally in every or most phases of 

a research process. Academic researchers are researchers who have an academic 

background, hold a job at a university and who are not involved in research because of their 

experiences with a disability or illness.  

 

1.4 APPROACHES FOR USER INVOLVEMENT IN RESEARCH AGENDA SETTING 

A number of approaches and models can be found in the literature about user involvement 

in research. A well-known model is Arnstein’s ladder for citizen participation (Arnstein, 

1969), which distinguishes various degrees of participation: manipulation and therapy (non 

participation), informing, consultation and placation (tokenism), partnership, delegated 

power and citizen control. Participation is framed as a struggle of power between citizens 

and policymakers or people in government, and the different steps are arranged 

hierarchically.  
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This ladder has been further adapted (Abma & Broerse, 2010; Caron-Flinterman, 2005; 

Elberse, 2012), and other frameworks or models have been constructed to distinguish 

different approaches of user involvement in research (Beresford, 2002; Nolan, Hanson, 

Grant, & Keady, 2007; Rabeharisoa, 2003; Tritter, 2009). Roughly three approaches can be 

distinguished, each with several roles and characterizations of user involvement. These 

approaches have in common that they aim to involve users in research processes and 

agenda setting. They vary in reciprocity, power distribution, whether the involvement is on 

a collective or individual level, and transformative aims. Also they each seem to have 

different pros, cons and challenges (Ben-Ari & Enosh, 2013; Beresford, 2002; Nolan et al., 

2007; Read & Maslin-Prothero, 2011). These approaches are: 1) consultation, 2) 

collaboration and dialogue and 3) control. Below I describe each approach into more detail, 

and I focus on how these are applied to establish user involvement in health research 

agenda setting. The differences between these approaches for research agenda setting 

processes are summarized in table 1 below.  

 

1.4.1 “PROVIDING INFORMATION”; CONSULTATION OF USERS IN RESEARCH AGENDA SETTING 

Users can be involved in research agenda setting by being consulted. They are for example 

respondents in an interview about research, or they are consulted by responding to a survey 

with questions about research topics. The initiative of becoming involved does not come 

from users themselves, but rather researchers decide they want to collect the views of users 

about possible research topics. Another possibility is that researchers infer research topics 

after they have consulted users about their experiences and views (Stewart, Caird, Oliver, & 

Oliver, 2011). In these cases, users do not decide what topics are on the agenda, nor do they 

have the opportunity to raise issues themselves. Ultimately researchers interpret users’ 

views and then decide what they want to incorporate in research agenda setting or what 

weight they give to the choices expressed by users (Lloyd, Preston-Shoot, Temple, & Wuu, 

1996). Tritter (2009) describes this as indirect involvement, which “typically entails 

information gathering from service users by health professionals and managerial staff in 

order to inform service delivery and development” (p. 276-277).  Research agenda setting 

  

based on consultation of users is inspired by taking a “consumerist approach” to user 

involvement. This approach emerged from the fields of management and market forces, in 

which consultation was aimed at “improving the product” (Beresford, 2002). In health care 

this approach is applied in for example quality of care research, in which the experiences 

and perspectives of users are used to improve quality of care. Managers and policymakers 

search for input on how to make improvements, but they make the decisions and weigh 

what adjustments they want to incorporate. Also characteristic of this consulting approach 

is that users are more involved on an individual level (e.g. as individual respondents) rather 

than on a collective level where they exchange and combine their knowledge and 

experiences.  

In health research, examples of consultation as a way of being involved can be found in 

citizens panels (e.g. users’ panels organized by the Netherlands Institute for health services 

research (NIVEL, 2015)). Consultation can improve the legitimacy and usefulness of 

research, but users are involved in a passive or solely reactive role, for example by 

prioritizing predefined topics. Users do not decide what constitutes the research agenda, 

nor do they engage in deliberations or dialogue among themselves or with researchers in 

order to establish research topics.  In short, there is no exchange of perspectives. 

Consultation as a way of user participation in research agenda setting is criticized because 

it can easily lead to pseudo participation or tokenism (Arnstein, 1969; Tritter, 2009). 

Researchers can assume that they already know what users consider important topics for 

research, or do not want to burden users or user associations by asking them to raise issues 

themselves. As a result, user involvement is treated as a “box ticking exercise” (Beresford, 

2002), the views of users are lost in the interpretations by researchers, or are 

unrecognizable in later stages of the research process (Lloyd et al., 1996; Ramcharan, Grant, 

& Flynn, 2004).   

 

Although these are downsides of involving users only by consultation, it is not to be said 

that all initiatives focussing on consultation lack merit. As a first start, these initiatives can 

be valuable.  It may be ethical to acknowledge that power differences exist, instead of 
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This ladder has been further adapted (Abma & Broerse, 2010; Caron-Flinterman, 2005; 

Elberse, 2012), and other frameworks or models have been constructed to distinguish 

different approaches of user involvement in research (Beresford, 2002; Nolan, Hanson, 

Grant, & Keady, 2007; Rabeharisoa, 2003; Tritter, 2009). Roughly three approaches can be 

distinguished, each with several roles and characterizations of user involvement. These 

approaches have in common that they aim to involve users in research processes and 

agenda setting. They vary in reciprocity, power distribution, whether the involvement is on 

a collective or individual level, and transformative aims. Also they each seem to have 

different pros, cons and challenges (Ben-Ari & Enosh, 2013; Beresford, 2002; Nolan et al., 

2007; Read & Maslin-Prothero, 2011). These approaches are: 1) consultation, 2) 

collaboration and dialogue and 3) control. Below I describe each approach into more detail, 

and I focus on how these are applied to establish user involvement in health research 

agenda setting. The differences between these approaches for research agenda setting 

processes are summarized in table 1 below.  

 

1.4.1 “PROVIDING INFORMATION”; CONSULTATION OF USERS IN RESEARCH AGENDA SETTING 

Users can be involved in research agenda setting by being consulted. They are for example 

respondents in an interview about research, or they are consulted by responding to a survey 

with questions about research topics. The initiative of becoming involved does not come 

from users themselves, but rather researchers decide they want to collect the views of users 

about possible research topics. Another possibility is that researchers infer research topics 

after they have consulted users about their experiences and views (Stewart, Caird, Oliver, & 

Oliver, 2011). In these cases, users do not decide what topics are on the agenda, nor do they 

have the opportunity to raise issues themselves. Ultimately researchers interpret users’ 

views and then decide what they want to incorporate in research agenda setting or what 

weight they give to the choices expressed by users (Lloyd, Preston-Shoot, Temple, & Wuu, 

1996). Tritter (2009) describes this as indirect involvement, which “typically entails 

information gathering from service users by health professionals and managerial staff in 

order to inform service delivery and development” (p. 276-277).  Research agenda setting 

  

based on consultation of users is inspired by taking a “consumerist approach” to user 

involvement. This approach emerged from the fields of management and market forces, in 

which consultation was aimed at “improving the product” (Beresford, 2002). In health care 

this approach is applied in for example quality of care research, in which the experiences 

and perspectives of users are used to improve quality of care. Managers and policymakers 

search for input on how to make improvements, but they make the decisions and weigh 

what adjustments they want to incorporate. Also characteristic of this consulting approach 

is that users are more involved on an individual level (e.g. as individual respondents) rather 

than on a collective level where they exchange and combine their knowledge and 

experiences.  

In health research, examples of consultation as a way of being involved can be found in 

citizens panels (e.g. users’ panels organized by the Netherlands Institute for health services 

research (NIVEL, 2015)). Consultation can improve the legitimacy and usefulness of 

research, but users are involved in a passive or solely reactive role, for example by 

prioritizing predefined topics. Users do not decide what constitutes the research agenda, 

nor do they engage in deliberations or dialogue among themselves or with researchers in 

order to establish research topics.  In short, there is no exchange of perspectives. 

Consultation as a way of user participation in research agenda setting is criticized because 

it can easily lead to pseudo participation or tokenism (Arnstein, 1969; Tritter, 2009). 

Researchers can assume that they already know what users consider important topics for 

research, or do not want to burden users or user associations by asking them to raise issues 

themselves. As a result, user involvement is treated as a “box ticking exercise” (Beresford, 

2002), the views of users are lost in the interpretations by researchers, or are 

unrecognizable in later stages of the research process (Lloyd et al., 1996; Ramcharan, Grant, 

& Flynn, 2004).   

 

Although these are downsides of involving users only by consultation, it is not to be said 

that all initiatives focussing on consultation lack merit. As a first start, these initiatives can 

be valuable.  It may be ethical to acknowledge that power differences exist, instead of 
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arguing that every group of users has to step up in order to become active in setting  

research agendas (Entwistle, Renfrew, Yearley, Forrester, & Lamont, 1998; Lloyd et al., 

1996; Ward & Gahagan, 2010). For example, for users who are (temporarily) unable to  voice 

their views or to take part in any kind of initiative, consultation is the best alternative for 

involvement, for example in  collecting stories, using creative methods when determining 

concerns and issues, which ultimately may lead to more active involvement in formulating 

topics for research in later stages (Perez & Treadwell, 2009). Also user associations that have 

a small basis of active users that are motivated to participate in research agenda setting, 

can result in the decision to participate through consultation, e.g. via a survey or by 

interviewing users.    

 

1.4.2 “SHARING OWNERSHIP”; COLLABORATION AND DIALOGUE BETWEEN USERS AND RESEARCHERS IN 

RESEARCH AGENDA SETTING   

In the social sciences participatory models emerged in the 1950s and 1960s,  driven by the 

insight that complex problems cannot be addressed by outside experts alone (Nolan et al., 

2007). Particularly in qualitative research participatory approaches were developed in order 

to break down traditional hierarchical relationships between researchers and participants 

(French & Swain, 1997). Participatory research was regarded as a way to democratize 

knowledge and to share ownership of research with participants (Miller & Crabtree, 2005; 

Patton, 1997). Participatory research approaches can focus on practical aspects, like 

collaborative decision making and problem solving, aiming at enhancing utilization of 

research findings. Also, participatory research approaches can emphasize their ideological 

roots, aiming to democratize and bring about social change, and therefore dealing within 

“contexts of power and transformation” (Cousins & Whitmore, 1998; Fetterman, Rodríguez-

Campos, & Zukoski, 2018). 

 

These facets of user participation in research in the social sciences can also been seen in 

research agenda setting processes. Several authors have developed models that aimed at 

collaboration between users and researchers. Beresford (2002) distinguished a “democratic 

  

model”, Rabeharisoa (2003) described the emergence of a “partnership model”, and Abma 

and Broerse (2010b) introduced a “dialogue model”. Attributes of these models are 

exchanges of perspectives and reciprocity in the research relationship between users and 

researchers (Ben-Ari & Enosh, 2013). This collaborative and dialogic approach combines 

making people’s voices heard with involving them in decision making processes. People are 

involved through their lived experiences, and through their intention to make 

improvements or decide on a collective rather than an individual level what they want to 

prioritize in a research agenda. A collaborative approach allows them to make a change or 

exert influence on the contents of a research agenda (Beresford, 2002). It values democratic 

pluralism in research, taking into account diverse voices and perspectives and specifically 

promoting the inclusion of regularly marginalized or overlooked groups (Greene, 2001; 

Perez & Treadwell, 2009).  

 

The focus however is not only in changing power distribution and influencing research 

agenda setting. A collaborative approach also focusses on dialogue, interaction and the 

exchange of perspectives between users and researchers. Collaborative strategies that 

users can adopt, vary from becoming voting members on scientific boards and committees, 

rating grant proposals, collaborating with researchers to determine research priorities, 

speaking at conferences,  offering input on study designs  and participating in all phases of 

research processes (Mayer, 2011; Zavestoski, McCormick, & Brown, 2004).  Studies have 

shown how  HIV activists in the US in the 1980s managed to find their own place in the 

scientific arena and established partnerships by becoming an “obligatory passage point” for 

researchers when they want to initiate research (Epstein, 1995). These activists succeeded 

because they learned the language and culture of the medical sciences, which made contact 

with scientists easier, they represented themselves as a legitimate, organized voice of 

people with the disease, and they provided a unique perspective on health and illness 

(Epstein, 1995; Mayer, 2011). When focusing on the decision making process in research 

agenda setting, an interesting example is AFM, the French user association for people with 

muscular dystrophy, which uses a partnership model in order for users to participate at an 
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arguing that every group of users has to step up in order to become active in setting  

research agendas (Entwistle, Renfrew, Yearley, Forrester, & Lamont, 1998; Lloyd et al., 

1996; Ward & Gahagan, 2010). For example, for users who are (temporarily) unable to  voice 

their views or to take part in any kind of initiative, consultation is the best alternative for 

involvement, for example in  collecting stories, using creative methods when determining 

concerns and issues, which ultimately may lead to more active involvement in formulating 

topics for research in later stages (Perez & Treadwell, 2009). Also user associations that have 

a small basis of active users that are motivated to participate in research agenda setting, 

can result in the decision to participate through consultation, e.g. via a survey or by 

interviewing users.    

 

1.4.2 “SHARING OWNERSHIP”; COLLABORATION AND DIALOGUE BETWEEN USERS AND RESEARCHERS IN 

RESEARCH AGENDA SETTING   

In the social sciences participatory models emerged in the 1950s and 1960s,  driven by the 

insight that complex problems cannot be addressed by outside experts alone (Nolan et al., 

2007). Particularly in qualitative research participatory approaches were developed in order 

to break down traditional hierarchical relationships between researchers and participants 

(French & Swain, 1997). Participatory research was regarded as a way to democratize 

knowledge and to share ownership of research with participants (Miller & Crabtree, 2005; 

Patton, 1997). Participatory research approaches can focus on practical aspects, like 

collaborative decision making and problem solving, aiming at enhancing utilization of 

research findings. Also, participatory research approaches can emphasize their ideological 

roots, aiming to democratize and bring about social change, and therefore dealing within 

“contexts of power and transformation” (Cousins & Whitmore, 1998; Fetterman, Rodríguez-

Campos, & Zukoski, 2018). 

 

These facets of user participation in research in the social sciences can also been seen in 

research agenda setting processes. Several authors have developed models that aimed at 

collaboration between users and researchers. Beresford (2002) distinguished a “democratic 

  

model”, Rabeharisoa (2003) described the emergence of a “partnership model”, and Abma 

and Broerse (2010b) introduced a “dialogue model”. Attributes of these models are 

exchanges of perspectives and reciprocity in the research relationship between users and 

researchers (Ben-Ari & Enosh, 2013). This collaborative and dialogic approach combines 

making people’s voices heard with involving them in decision making processes. People are 

involved through their lived experiences, and through their intention to make 

improvements or decide on a collective rather than an individual level what they want to 

prioritize in a research agenda. A collaborative approach allows them to make a change or 

exert influence on the contents of a research agenda (Beresford, 2002). It values democratic 

pluralism in research, taking into account diverse voices and perspectives and specifically 

promoting the inclusion of regularly marginalized or overlooked groups (Greene, 2001; 

Perez & Treadwell, 2009).  

 

The focus however is not only in changing power distribution and influencing research 

agenda setting. A collaborative approach also focusses on dialogue, interaction and the 

exchange of perspectives between users and researchers. Collaborative strategies that 

users can adopt, vary from becoming voting members on scientific boards and committees, 

rating grant proposals, collaborating with researchers to determine research priorities, 

speaking at conferences,  offering input on study designs  and participating in all phases of 

research processes (Mayer, 2011; Zavestoski, McCormick, & Brown, 2004).  Studies have 

shown how  HIV activists in the US in the 1980s managed to find their own place in the 

scientific arena and established partnerships by becoming an “obligatory passage point” for 

researchers when they want to initiate research (Epstein, 1995). These activists succeeded 

because they learned the language and culture of the medical sciences, which made contact 

with scientists easier, they represented themselves as a legitimate, organized voice of 

people with the disease, and they provided a unique perspective on health and illness 

(Epstein, 1995; Mayer, 2011). When focusing on the decision making process in research 

agenda setting, an interesting example is AFM, the French user association for people with 

muscular dystrophy, which uses a partnership model in order for users to participate at an 
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equal level with researchers (Rabeharisoa, 2003). It embraces the view that a user 

association is master of its research policy and that users are specialists’ partners in their 

own right. As a result, the user association does not solely delegate decisions surrounding 

research to a scientific board that does not consist of users, but set out their own decisions 

and select researchers who are willing to collaborate with them. For example, the 

association decided to start a research project aimed at tracing gene maps of muscular 

dystrophy. It also published white papers, films and observations from the daily lives of 

users, which resulted in guidelines on quality care. In the end, “the most remarkable 

consequence of this continuous interaction was that “experiential” knowledge and scientific 

knowledge on the disease ended up forming an indivisible whole, jointly influencing clinical 

profiles and trajectories of life with the disease.” (Rabeharisoa, 2003, p. 2133). This example 

illustrates that when collaborating in research agenda setting, users can be considered 

experience-based experts (Caron-Flinterman, 2005). However, valuing experiential 

expertise equally to professional scientific expertise is not evident. Researchers can regard 

experiential expertise as subjective, unscientific or as biased. When a research team is 

extended with people from different backgrounds, other types of expertise can be needed 

in order to deliberate or for making shared decisions. Collins and Evans (2002) mention for 

example interactional expertise (expertise to interact interestingly with each other) and 

contributory expertise (expertise to contribute to the topic being analysed).  

 

From an ethic of care perspective, principles of attentiveness, responsibility, competence, 

responsiveness and trust are expected to contribute to dialogue and equal collaboration 

between partners (Ward & Gahagan, 2010). In order to prevent that participation in 

research agenda setting leads to tokenism, researchers should make the perspectives of 

users leading, also in exploring how a users’ community wants to participate further into 

the research process (Entwistle, Calnan, & Dieppe, 2008). Also changing power relations, 

making these more symmetrical, may be challenging when determining needs and making 

decisions during research agenda setting (Fetterman et al., 2018; Lloyd et al., 1996; 

Ramcharan et al., 2004). However, power often remains with the professionals who 

  

determine how to weigh options and choices of users, for example when they deal with 

complexity or feel accountable for research developments (Lloyd et al., 1996). Even in a 

situation where researchers and users deliberately collaborate to determine research 

topics, subtle exclusion mechanisms during a meeting may threaten an equal partnership, 

e.g. a setting that is inaccessible for users, users who get no attention or respect in a 

meeting, or jargon used by researchers is blocking a contribution by users in meeting 

(Elberse, Caron-Flinterman, & Broerse, 2011). Ultimately this can lead to a mismatch 

between research priorities and the focus of the agenda setting process. It challenges the 

implementation of research agenda setting through collaboration.  

 

1.4.3 “CONTROLLING THE AGENDA”; USERS LEADING RESEARCH AGENDA SETTING   

Next to consultation and collaboration, a third level of user involvement can be 

distinguished, in which users are in control of the process of research agenda setting. This 

means that they take a leading role in determining topics for research. They do not seek 

collaboration with professionals, but rather claim their own agenda for research. They will 

also develop their own research proposals and they can also carry out the research, and 

analyse and disseminate the findings. Professionals have, if any, only a supporting or 

facilitating role in the agenda setting process. All decisions are made exclusively by users 

themselves. An emancipatory approach underlies this level of users’ involvement. 

Emancipatory research was driven by the disability movement in the 1960s and 1970s with 

the aim of empowering marginalized and disadvantaged groups (Nolan et al., 2007). This 

branch of disability studies distinguished itself by adopting a social model of disease and 

disability. “In this model disability is seen as a social product, one that is culturally produced 

and one that is oppressive” (Ramcharan et al., 2004, p. 84). The disability movement 

condemned the traditional medical model for stigmatizing and pathologizing people with 

disabilities, and for ignoring aspects in society that are oppressive, and induce exclusion 

from society (French & Swain, 1997). In this spirit, emancipatory approaches deliberately 

sought to make people with disabilities themselves the “authors of research”, allowing 

research to become a tool for improving their lives (Ramcharan et al., 2004). This research 
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equal level with researchers (Rabeharisoa, 2003). It embraces the view that a user 

association is master of its research policy and that users are specialists’ partners in their 

own right. As a result, the user association does not solely delegate decisions surrounding 

research to a scientific board that does not consist of users, but set out their own decisions 

and select researchers who are willing to collaborate with them. For example, the 

association decided to start a research project aimed at tracing gene maps of muscular 
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consequence of this continuous interaction was that “experiential” knowledge and scientific 
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expertise equally to professional scientific expertise is not evident. Researchers can regard 
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extended with people from different backgrounds, other types of expertise can be needed 
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example interactional expertise (expertise to interact interestingly with each other) and 

contributory expertise (expertise to contribute to the topic being analysed).  

 

From an ethic of care perspective, principles of attentiveness, responsibility, competence, 

responsiveness and trust are expected to contribute to dialogue and equal collaboration 

between partners (Ward & Gahagan, 2010). In order to prevent that participation in 

research agenda setting leads to tokenism, researchers should make the perspectives of 

users leading, also in exploring how a users’ community wants to participate further into 

the research process (Entwistle, Calnan, & Dieppe, 2008). Also changing power relations, 

making these more symmetrical, may be challenging when determining needs and making 

decisions during research agenda setting (Fetterman et al., 2018; Lloyd et al., 1996; 

Ramcharan et al., 2004). However, power often remains with the professionals who 

  

determine how to weigh options and choices of users, for example when they deal with 

complexity or feel accountable for research developments (Lloyd et al., 1996). Even in a 

situation where researchers and users deliberately collaborate to determine research 

topics, subtle exclusion mechanisms during a meeting may threaten an equal partnership, 

e.g. a setting that is inaccessible for users, users who get no attention or respect in a 

meeting, or jargon used by researchers is blocking a contribution by users in meeting 

(Elberse, Caron-Flinterman, & Broerse, 2011). Ultimately this can lead to a mismatch 

between research priorities and the focus of the agenda setting process. It challenges the 

implementation of research agenda setting through collaboration.  

 

1.4.3 “CONTROLLING THE AGENDA”; USERS LEADING RESEARCH AGENDA SETTING   

Next to consultation and collaboration, a third level of user involvement can be 

distinguished, in which users are in control of the process of research agenda setting. This 

means that they take a leading role in determining topics for research. They do not seek 

collaboration with professionals, but rather claim their own agenda for research. They will 

also develop their own research proposals and they can also carry out the research, and 

analyse and disseminate the findings. Professionals have, if any, only a supporting or 

facilitating role in the agenda setting process. All decisions are made exclusively by users 

themselves. An emancipatory approach underlies this level of users’ involvement. 

Emancipatory research was driven by the disability movement in the 1960s and 1970s with 

the aim of empowering marginalized and disadvantaged groups (Nolan et al., 2007). This 

branch of disability studies distinguished itself by adopting a social model of disease and 

disability. “In this model disability is seen as a social product, one that is culturally produced 

and one that is oppressive” (Ramcharan et al., 2004, p. 84). The disability movement 

condemned the traditional medical model for stigmatizing and pathologizing people with 

disabilities, and for ignoring aspects in society that are oppressive, and induce exclusion 

from society (French & Swain, 1997). In this spirit, emancipatory approaches deliberately 

sought to make people with disabilities themselves the “authors of research”, allowing 

research to become a tool for improving their lives (Ramcharan et al., 2004). This research 
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approach also distinguishes itself in its commitment to making change, and to people taking 

control to empower themselves in shaping their lives.  

The main difference between the level of collaboration and the level of control is that the 

latter finds it focus predominantly on increasing empowerment and the power of self-

determination (Fetterman et al., 2018; Patton, 1997). On the level of collaboration the focus 

is more on partnership and dialogue between users and professionals. A challenge in a 

collaborative process is establishing a shift in power relations, especially  when users are 

not involved in the process from the start, whereas researchers have already met. When 

users initiate agenda setting, users are in control.  

 

In order to distinguish emancipatory approaches more clearly, terms like “user research” or 

“survivor research” have been introduced, to emphasize that the “users” are leading and 

determine all aspects in the research process (Turner & Beresford, 2005). An example is the 

“Survivor Research Network” in the UK, a collective of independent researchers and activists 

that bring voices of mental health service users to the foreground and aim “…to be actively 

involved in designing, conducting and delivering research, evaluation and training initiatives 

that inform service and policy changes” (Survivor Research, n.d.). Another example of user 

research can be seen in the case of parents of children with PXE (pseudoxanthoma 

elasticum, a systemic heritable connective tissue disorder), who recruited researchers to 

collect DNA samples, which led to the identification of the PXE gene and several mutations 

(Uitto, 2001). Another example is the Duchenne Parent Project in the Netherlands, in which 

parents of children with Duchenne Muscular Dystrophy collect funds and decide which 

research proposals receive grants (Duchenne Parent Project, n.d.).  

 

Following the participation ladder of Arnstein (1969), as described at the beginning of this 

chapter, this level is often considered the highest on the participation ladder and  the most 

desirable and promising role of user involvement, because it results in users having full 

control over the agenda. It liberates them from the dominant medical discourse in research 

and it leads to empowerment and the acknowledgement of issues that users find important 

  

in their daily lives. Some patient associations have adopted this model, especially in the field 

of orphan and rare diseases.  

 

Table 1.1 Different aspects of three approaches for user participation in research 
agenda setting.  
 
Approach for 
participation in 
research agenda 
setting 

Reciprocity: 
exchanging 
perspectives 

Symmetry in power 
relations  

Type of expertise 
needed 

Consultation No: researchers 
consult patients 

No: researchers 
hold decision 
making power 

Users: experiential 
knowledge 

Researchers: 
professional 
research expertise 

Collaboration and 
Dialogue 

Yes: users and 
researchers 
exchange 
perspectives 

Yes: users and 
researchers share 
decision making 
power 

Users: experiential 
expertise, 
contributory and 
interactional 
expertise 

Researchers: 
professional 
research expertise, 
contributory and 
interactional 
expertise 

Control Not necessarily: 
users may consult 
researchers 

No: users hold 
decision making 
power 

Users: experiential 
expertise, advocacy 
expertise, 
professional 
research expertise. 

Researchers: 
professional 
research expertise 
(only when needed 
by users) 
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approach also distinguishes itself in its commitment to making change, and to people taking 

control to empower themselves in shaping their lives.  

The main difference between the level of collaboration and the level of control is that the 

latter finds it focus predominantly on increasing empowerment and the power of self-

determination (Fetterman et al., 2018; Patton, 1997). On the level of collaboration the focus 

is more on partnership and dialogue between users and professionals. A challenge in a 

collaborative process is establishing a shift in power relations, especially  when users are 

not involved in the process from the start, whereas researchers have already met. When 

users initiate agenda setting, users are in control.  

 

In order to distinguish emancipatory approaches more clearly, terms like “user research” or 

“survivor research” have been introduced, to emphasize that the “users” are leading and 

determine all aspects in the research process (Turner & Beresford, 2005). An example is the 

“Survivor Research Network” in the UK, a collective of independent researchers and activists 

that bring voices of mental health service users to the foreground and aim “…to be actively 

involved in designing, conducting and delivering research, evaluation and training initiatives 

that inform service and policy changes” (Survivor Research, n.d.). Another example of user 

research can be seen in the case of parents of children with PXE (pseudoxanthoma 

elasticum, a systemic heritable connective tissue disorder), who recruited researchers to 

collect DNA samples, which led to the identification of the PXE gene and several mutations 

(Uitto, 2001). Another example is the Duchenne Parent Project in the Netherlands, in which 

parents of children with Duchenne Muscular Dystrophy collect funds and decide which 

research proposals receive grants (Duchenne Parent Project, n.d.).  

 

Following the participation ladder of Arnstein (1969), as described at the beginning of this 

chapter, this level is often considered the highest on the participation ladder and  the most 

desirable and promising role of user involvement, because it results in users having full 

control over the agenda. It liberates them from the dominant medical discourse in research 

and it leads to empowerment and the acknowledgement of issues that users find important 

  

in their daily lives. Some patient associations have adopted this model, especially in the field 

of orphan and rare diseases.  

 

Table 1.1 Different aspects of three approaches for user participation in research 
agenda setting.  
 
Approach for 
participation in 
research agenda 
setting 

Reciprocity: 
exchanging 
perspectives 

Symmetry in power 
relations  

Type of expertise 
needed 

Consultation No: researchers 
consult patients 

No: researchers 
hold decision 
making power 

Users: experiential 
knowledge 

Researchers: 
professional 
research expertise 

Collaboration and 
Dialogue 

Yes: users and 
researchers 
exchange 
perspectives 

Yes: users and 
researchers share 
decision making 
power 

Users: experiential 
expertise, 
contributory and 
interactional 
expertise 

Researchers: 
professional 
research expertise, 
contributory and 
interactional 
expertise 

Control Not necessarily: 
users may consult 
researchers 

No: users hold 
decision making 
power 

Users: experiential 
expertise, advocacy 
expertise, 
professional 
research expertise. 

Researchers: 
professional 
research expertise 
(only when needed 
by users) 
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1.5 THIS DISSERTATION 

In this dissertation I focus on the value of collaboration and dialogue for research agenda 

setting. Collaboration seems promising, since users are actively involved, share decision 

making during the research process, and their input in research agenda setting is 

implemented. It is expected that also vulnerable and marginalized groups will share in the 

research process, that different parties will exchange their perspectives on the content of a 

research agenda, thereby learning from each other, and that researchers will share decision 

making power with users who are involved in setting and prioritizing topics on the agenda. 

The research agenda as a result would be legitimate and recognizable for all parties 

involved, who feel ownership of the agenda. From an empowerment point of view, it is 

expected that users will learn about their illness and increase their confidence and life 

satisfaction by becoming more actively involved in research.  

 

This results in the following research question: 

How do users and researchers experience their involvement in research agenda setting 
through collaborative practices and what issues do users place on the research agenda? 

 

1.6 METHODOLOGY  

The research methodology in this dissertation is grounded in a transformative paradigm 

(Mertens, 1999; Mertens & Ginsberg, 2008). A transformative paradigm regards knowledge 

production not as neutral endeavor, but rather sees knowledge as being influenced by 

different interests, as socially constructed, and as reflecting social relations within societies. 

An important aim of knowledge production is to give people opportunities to change 

situations. Examples of approaches in the transformative paradigm are: emancipatory, 

participatory and responsive or dialogic approaches. Transformative designs give a central 

role to experiences of marginalized groups, like minorities or people with disabilities 

(Greene, 2001, 2006; Mertens, 1995). A researcher using this theory pays attention to 

asymmetric power relations, involving vulnerable or marginalized groups and linking the 

results to action (Mertens, 1999). 

  

Three case studies on research agenda setting with users were carried out with the specific 

aim to engage in collaboration and dialogue. We used a responsive methodology as 

guidance in the research processes. Generally, responsive and participatory research consist 

of several phases during which participants gradually evolve in the process, starting with 

exploration and reaching an agreement on the focus of the study, to gathering data where 

they start being co-researchers, becoming immersed in the action and experience of the 

research, and finally meet to share and reflect on the data and draw out results and 

conclusions (Abma, 2000, 2005, 2006; King, 2007; Reason, 1994). A responsive methodology 

finds its origins in the work of Robert Stake the field of evaluation studies on education 

(Abma & Stake, 2001). It has been adapted by Egon Guba and Yvonna Lincoln who 

introduced their “fourth generation evaluation” as an alternative to traditional generations 

of evaluation studies, which were dominated by positivist research paradigms (Abma, 2005; 

Guba & Lincoln, 1989; Koch, 1994). Responsive evaluation, emerging from a constructivist 

paradigm, acknowledges the plurality of values and views and aims to illuminate the 

perspectives of all stakeholders involved in the process (Abma, 2000; Greene, 2006; Koch, 

2000).  

Abma and Widdershoven (2005, 2006) developed a more interactive version of a responsive 

methodology in which establishing dialogue between stakeholders is a central focus and 

stories of stakeholders serve as a starting point in this dialogue. This dialogic emphasis in a 

responsive methodology illustrates the importance of the inclusion of vulnerable or 

marginalized stakeholders and the establishment of a partnership between stakeholders 

(Abma & Widdershoven, 2008). This makes it a particularly suitable approach in order to 

actively involve users in research agenda setting through collaboration. A responsive 

methodology is characterized by a cyclic and emergent research design, in which the 

research activities are not anchored beforehand, but are gradually developed in 

collaboration with all parties involved. This makes it possible to adjust activities to the 

experiences that are made during the research process, and learning from them. As a result, 

the issues that are put forward for example by users, served as input for the decisions on 

how to proceed in the research process. Furthermore, a responsive methodology facilitates 
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(Abma & Stake, 2001). It has been adapted by Egon Guba and Yvonna Lincoln who 

introduced their “fourth generation evaluation” as an alternative to traditional generations 

of evaluation studies, which were dominated by positivist research paradigms (Abma, 2005; 

Guba & Lincoln, 1989; Koch, 1994). Responsive evaluation, emerging from a constructivist 

paradigm, acknowledges the plurality of values and views and aims to illuminate the 

perspectives of all stakeholders involved in the process (Abma, 2000; Greene, 2006; Koch, 

2000).  

Abma and Widdershoven (2005, 2006) developed a more interactive version of a responsive 

methodology in which establishing dialogue between stakeholders is a central focus and 

stories of stakeholders serve as a starting point in this dialogue. This dialogic emphasis in a 

responsive methodology illustrates the importance of the inclusion of vulnerable or 

marginalized stakeholders and the establishment of a partnership between stakeholders 

(Abma & Widdershoven, 2008). This makes it a particularly suitable approach in order to 

actively involve users in research agenda setting through collaboration. A responsive 

methodology is characterized by a cyclic and emergent research design, in which the 

research activities are not anchored beforehand, but are gradually developed in 

collaboration with all parties involved. This makes it possible to adjust activities to the 

experiences that are made during the research process, and learning from them. As a result, 

the issues that are put forward for example by users, served as input for the decisions on 

how to proceed in the research process. Furthermore, a responsive methodology facilitates 
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the inclusion of users as research partners. A responsive methodology generally follows four 

phases: 1) an exploratory phase; 2) an inventory phase; 3) a priority setting phase; and 4) a 

dialogue phase.  

 

The role of a researcher in this process can vary from being a facilitator, an educator, an 

evaluator or a Socratic guide (Abma et al., 2001; Abma & Widdershoven, 2006). However, 

power inequalities between professional researchers and research partners can have an 

influence in the research process, for example when researchers do not acknowledge the 

value of experiential expertise. By using a responsive methodology this can be prevented by 

engaging the most vulnerable group early on in the process, and starting by placing their 

views and issues to the foreground. In this way the group with the most vulnerable group 

can take its time to develop a voice and to start a process of empowerment, before they 

engage in a dialogue with other groups, like professional researchers. When a dialogue 

between the two parties is started, it is expected that by exchanging perspectives a shared 

understanding and mutual learning will occur.  

 

1.7 THREE CASE STUDIES ON COLLABORATION IN RESEARCH AGENDA SETTING 

Previously we described several levels on which user involvement in research agenda setting 

can be achieved. We also explained how we adopted the collaborative level, and used a 

responsive methodology in order to achieve dialogues among users, within the research 

team, and between users and researchers. The following chapters are based on three case 

studies in which we applied this approach. The case studies focussed on collaboration with 

three groups of people with a disability or disease: 1) people with chronic kidney disease 

(CKD); 2) people with intellectual disabilities (ID); and 3) people with neuromuscular disease 

(NMD). There are also differences between the three case studies, relating to the different 

characteristics of the user groups and several facets in the study context. This allowed us to 

compare different situations or circumstances when establishing user involvement in 

research agenda setting through collaboration. Below we describe the different 

backgrounds and characteristics of these case studies. These are summarized in table 2.  

  

1.7.1 PEOPLE WITH CHRONIC KIDNEY DISEASE 

The first case study focussed on research agenda setting with people with chronic kidney 

disease (CKD). Patients with CKD often experience a tumultuous course of events, in which 

they have an acute or chronic decline of their renal function. Therapies vary from a 

“conservative” treatment (medicine and diet), different types of dialysis (haemodialysis, 

peritoneal dialysis) and transplantation. Transplantation is sometimes seen by  outsiders as 

a curative treatment, but patients still remain under close supervision with their physician 

and have to take immunosuppressant drugs in order to prevent rejection of the 

transplanted kidney. It is expected that with the aging population, the number of patients 

with CKD will also increase.  

 

The case study was initiated by the Dutch Association for Kidney Patients (Nierpatiënten 

Vereniging Nederland) and funded by the Kidney Foundation in the Netherlands 

(Nierstichting Nederland). The study period was from December 2005 until February 2007. 

The study design was co-written by the project leader operating from the university and 

staff members of the patient association. The project team consisted of five members who 

were involved in all phases of the process: the project leader and two academic researchers 

(all with a background in social sciences) and two research partners (a mother with a son 

with CKD and a woman diagnosed with CKD) with experiential knowledge of living with CKD. 

The aim of the study was to illuminate the experiences and perspectives of patients with 

CKD as a foundation for an agenda for research with a focus on the social sciences. In order 

to achieve this, patients with CKD engaged in a dialogue, which would result in a list with 

prioritized research themes and possible research questions. The study followed four 

phases: an exploratory phase, a consultation phase, a prioritizing phase and a integrative 

phase. In order to involve a diverse group of users with different background, the research 

team made extra efforts to include so-called hard-to-reach groups in the study, e.g. 

teenagers, elderly and people with a other ethnic background.  
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a curative treatment, but patients still remain under close supervision with their physician 

and have to take immunosuppressant drugs in order to prevent rejection of the 

transplanted kidney. It is expected that with the aging population, the number of patients 

with CKD will also increase.  

 

The case study was initiated by the Dutch Association for Kidney Patients (Nierpatiënten 

Vereniging Nederland) and funded by the Kidney Foundation in the Netherlands 

(Nierstichting Nederland). The study period was from December 2005 until February 2007. 

The study design was co-written by the project leader operating from the university and 

staff members of the patient association. The project team consisted of five members who 

were involved in all phases of the process: the project leader and two academic researchers 

(all with a background in social sciences) and two research partners (a mother with a son 

with CKD and a woman diagnosed with CKD) with experiential knowledge of living with CKD. 

The aim of the study was to illuminate the experiences and perspectives of patients with 

CKD as a foundation for an agenda for research with a focus on the social sciences. In order 

to achieve this, patients with CKD engaged in a dialogue, which would result in a list with 

prioritized research themes and possible research questions. The study followed four 

phases: an exploratory phase, a consultation phase, a prioritizing phase and a integrative 

phase. In order to involve a diverse group of users with different background, the research 
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1.7.2 PEOPLE WITH INTELLECTUAL DISABILITIES 

The second case study was completed in the period from December 2005 till September 

2006, with active involvement of people with intellectual disabilities (ID) and parents of 

children with ID. Several societal developments have impacted how people with ID have 

been seen and treated within the society. In the 1950s and 60s, the medical model for 

disease and disability was dominant, which regarded people with ID as patients. As a result, 

many people with ID were institutionalized, and did not have any prospects of personal 

development or building a more independent life integrated in society (Raad voor 

Gezondheidsonderzoek, 2005). From the 1970s a democratic model became more 

prominent, which emphasized creating possibilities for development, “normalization” and 

integration into society. Critique emerged that this model placed expectations on both 

people with ID and society that realistically could not be met. From the 1990s this model 

was replaced by a model based on “citizenship” that places community care for people with 

ID more on the foreground (Raad voor Gezondheidsonderzoek, 2005; Ramcharan et al., 

2004).  

 

The case study was initiated and funded by the Netherlands Organization for Health 

Research and Development (ZonMw). The motivation for initiating this study was the 

appearance of a report of the Advisory Council on Health Research (Raad voor 

Gezondheidsonderzoek, 2005). The report distinguished certain groups of people with ID 

with different characteristics and points of interest for care and research. For example, 

diagnosis of ID for children was often delayed, because of the difficulty of recognising a 

developmental difficulties, which in turn caused parents to feel lost in the medical circuit.  

Other groups mentioned in this report, were people with multiple and/or complex 

disabilities (e.g. a combination of severe intellectual and physical disabilities), elderly and 

people with ID and severe psychiatric problems. Although the report signalled several 

developments in the field of ID, one of its main conclusions was that research on ID was 

mainly supply-driven and had a biomedical or epidemiological focus, while the perspectives 

  

and needs of people with ID remained unknown and therefore it was unclear if people with 

ID actually experienced any benefits from research into ID.   

 

The research proposal was written by academic researchers from the facilitating 

universities, the Federation of Self-Advocate Organizations (the LFB, an organization where 

people with ID work as advocates), and the Federation for Parent Organizations of People 

with an ID (the FvO, currently called the Platform VG). After it received funding from 

ZonMw, the LFB and FvO choose three people with experiential expertise who became 

research partners in the research team. These were two persons with minor ID and a mother 

with a son with severe ID and physical disabilities. The phases of a responsive methodology 

were followed, starting with an exploratory phase to get to know the field and people with 

ID, and for the research partners to get to know the research team. The second phase 

consisted of interviewing people with ID and parents about their lives, and focus group 

meetings in order to exchange and deepen the issues that emerged from the interviews. 

The last phase consisted of a prioritizing focus group with people with ID, and a prioritizing 

questionnaire among parents.  

 

1.7.3 PEOPLE WITH NEUROMUSCULAR DISEASE  

There are more than 600 different types of neuromuscular disease (NMD) with varying ages 

of onset, different symptoms, patterns and rates of progression. Many NMD’s can be 

characterized by a slow progression and some are hereditary. Most NMD’s are relatively 

rare and because of this, clinical research in this field is complex. However, progress has 

been made in rehabilitation sciences, in treating symptoms that are associated with NMD 

and in fundamental biomedical research. Most people with NMD rely on rehabilitation since 

curative treatments (extensive drug therapies) are only recently available for a very small 

amount of NMD.  

The research proposal for the case study was a collaboration between the Dutch 

Neuromuscular Research Center (ISNO, Interuniversitair Steunpunt Neuromusculair 
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developments in the field of ID, one of its main conclusions was that research on ID was 

mainly supply-driven and had a biomedical or epidemiological focus, while the perspectives 

  

and needs of people with ID remained unknown and therefore it was unclear if people with 

ID actually experienced any benefits from research into ID.   

 

The research proposal was written by academic researchers from the facilitating 

universities, the Federation of Self-Advocate Organizations (the LFB, an organization where 

people with ID work as advocates), and the Federation for Parent Organizations of People 

with an ID (the FvO, currently called the Platform VG). After it received funding from 

ZonMw, the LFB and FvO choose three people with experiential expertise who became 

research partners in the research team. These were two persons with minor ID and a mother 

with a son with severe ID and physical disabilities. The phases of a responsive methodology 

were followed, starting with an exploratory phase to get to know the field and people with 

ID, and for the research partners to get to know the research team. The second phase 

consisted of interviewing people with ID and parents about their lives, and focus group 

meetings in order to exchange and deepen the issues that emerged from the interviews. 

The last phase consisted of a prioritizing focus group with people with ID, and a prioritizing 

questionnaire among parents.  

 

1.7.3 PEOPLE WITH NEUROMUSCULAR DISEASE  

There are more than 600 different types of neuromuscular disease (NMD) with varying ages 

of onset, different symptoms, patterns and rates of progression. Many NMD’s can be 

characterized by a slow progression and some are hereditary. Most NMD’s are relatively 

rare and because of this, clinical research in this field is complex. However, progress has 

been made in rehabilitation sciences, in treating symptoms that are associated with NMD 

and in fundamental biomedical research. Most people with NMD rely on rehabilitation since 

curative treatments (extensive drug therapies) are only recently available for a very small 

amount of NMD.  

The research proposal for the case study was a collaboration between the Dutch 

Neuromuscular Research Center (ISNO, Interuniversitair Steunpunt Neuromusculair 
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Onderzoek), the Patient Association for NMD (VSN, Vereniging Spierziekten Nederland) and 

the department of Health, Ethics and Society of Maastricht University.  

The research team consisted of people from these three organizations: one staff member 

of the Patient Association, one neurologist and researcher representing ISNO (at that time) 

and two researchers with a background in social sciences. The research project aimed at 

formulating a shared research agenda from the perspectives of people with NMD and of 

researchers in the field of NMD. In order to achieve this, the phases of a responsive 

methodology were followed in order to first collect the perspectives of these parties 

separately. When these agendas were constructed the last, integrative phase was started in 

which people with NMD and researchers engaged in a dialogue about a shared agenda for 

research.   

 

Table 1.2 Characterization of the three case studies.  
User group Phases 

completed in 
the responsive 
methodology 

Collaboration 
with research 
partners 

Study period Funding agency 

People with 
chronic kidney 
disease  

Exploratory, 
consultation 
and prioritizing 
phase 

A mother of a 
son with CKD 
and a woman 
diagnosed with 
CKD 

15 months 
December 2005 
– February 
2007 

Kidney 
Foundation 
(Nierstichting) 

People with 
intellectual 
disabilities  

Exploratory, 
consultation 
and prioritizing 
phase 

Two people 
with ID and one 
mother of a son 
with severe ID 

9 months 
January – 
September 
2006 

ZonMw 

People with 
neuromuscular 
disease and 
professionals in 
the field of 
neurology and 
rehabilitation  

Exploratory, 
consultation, 
prioritizing and 
integrative 
phase 

Two staff 
members of the 
patient 
association 

14 months 
July 2006-
September 
2007 

ZonMw 
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Onderzoek), the Patient Association for NMD (VSN, Vereniging Spierziekten Nederland) and 

the department of Health, Ethics and Society of Maastricht University.  

The research team consisted of people from these three organizations: one staff member 

of the Patient Association, one neurologist and researcher representing ISNO (at that time) 

and two researchers with a background in social sciences. The research project aimed at 

formulating a shared research agenda from the perspectives of people with NMD and of 

researchers in the field of NMD. In order to achieve this, the phases of a responsive 

methodology were followed in order to first collect the perspectives of these parties 

separately. When these agendas were constructed the last, integrative phase was started in 

which people with NMD and researchers engaged in a dialogue about a shared agenda for 

research.   

 

Table 1.2 Characterization of the three case studies.  
User group Phases 

completed in 
the responsive 
methodology 

Collaboration 
with research 
partners 

Study period Funding agency 

People with 
chronic kidney 
disease  

Exploratory, 
consultation 
and prioritizing 
phase 

A mother of a 
son with CKD 
and a woman 
diagnosed with 
CKD 

15 months 
December 2005 
– February 
2007 

Kidney 
Foundation 
(Nierstichting) 

People with 
intellectual 
disabilities  

Exploratory, 
consultation 
and prioritizing 
phase 

Two people 
with ID and one 
mother of a son 
with severe ID 

9 months 
January – 
September 
2006 

ZonMw 

People with 
neuromuscular 
disease and 
professionals in 
the field of 
neurology and 
rehabilitation  

Exploratory, 
consultation, 
prioritizing and 
integrative 
phase 

Two staff 
members of the 
patient 
association 

14 months 
July 2006-
September 
2007 

ZonMw 
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