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ABSTRACT 

Although patients should ultimately benefit from research findings, they are usually not 

actively involved in the research process and research agenda setting. The purpose of this 

article is to indicate how a dialogue in the context of research agenda setting can be 

established to create an integrative research agenda. We draw on a case study that aimed at 

setting a participatory research agenda on neuromuscular diseases in the Netherlands. A 

multi-stakeholder and multi-phased dialogue model was used to work toward an integration 

of perspectives. Critical steps to establish equal partnerships between patients and 

researchers consisted of building trust among a mixed team composition, deliberation with 

and  empowerment among patients, active collaboration with a core group of experiential 

experts and fostering an open-minded dialogue to create personal and mutual understanding. 

Structural adjustments are required to create more enduring partnerships between 

stakeholders in the science and public policy domain.   

 

 

 

 

 

 

 

 

  

  

6.1 INTRODUCTION  

Involving patients in health research in general and in research agenda setting in particular is 

increasingly accepted as an important goal and route to enhance the societal legitimacy, 

utility, relevance and quality of medical knowledge (Evans, Thornton, Chalmers, & Glasziou, 

2011; Faulkner & Thomas, 2002; Potter, 2016; Tritter, 2014). This development can be 

considered a response to overcome mismatches between health research and the actual 

needs of patients (Abma & Broerse, 2010; Crowe, Fenton, Hall, Cowan, & Chalmers, 2015; 

Grant-Pearce, Miles, & Hills, 1998; Tallon, Chard, & Dieppe, 2000). Broad collaborations 

between patient and researchers are grounded in the persuasion that chronically ill patients 

can actually contribute to research by sharing their experiential knowledge with researchers 

(Bradburn et al., 1995). Experiential knowledge refers to the ultimate source of patient specific 

knowledge, the often implicit, lived experiences of patients (Caron-Flinterman, Broerse, & 

Bunders, 2005).  

Demonstrated benefits of collaborations between patients and researchers include widening 

of the research focus (de Wit, Abma, Loon, Collins, & Kirwan, 2013), structural adjustments to 

involve patients in funding agencies (Teunissen et al., 2013), more informed discussion 

between parties, greater understanding by patients of technical issues, improved sensitivity 

to patients’ concerns in planning research, reduced barriers to broad participation, improved 

public profile of research, increased credibility of patient involvement and greater enthusiasm 

amongst patients and researchers for working together (Hewlett et al., 2006; Oliver, 2006). 

Such collaborations may also empower individual patients and their collectives, and lead to 

an enhanced self-pride, acceptance and interpersonal skills (Nierse, Schipper, van Zadelhoff, 

van de Griendt, & Abma, 2012; Potter, 2016; Schipper et al., 2010).  

Within qualitative health research designs, it has become more common to involve patients 

through collaborative, participatory and emancipatory approaches (Fetterman, Rodríguez-

Campos, & Zukoski, 2018; Nolan, Hanson, Grant, & Keady, 2007; Read & Maslin-Prothero, 

2011). Also when engaging in agenda setting for health research, fostering partnerships 

through collaboration and participation between patients and researchers has gained more 

common ground (Rabeharisoa, 2003; Tritter, 2014) Reciprocity, inclusiveness, (mutual) 

empowerment and dialogue are crucial themes within these approaches (Fetterman et al., 

2018; VanderPlaat, 1999). Yet, it is also known that collaborations between patients and 
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researchers can be troublesome due to asymmetric power relations and communication 

problems (Baur, Van Elteren, Nierse, & Abma, 2010; de Wit et al., 2013). Collaboration and 

dialogue imply a two-way interaction between stakeholders, and an equal sharing of control 

over decision-making processes. Although some methodological guidelines have been 

described to set up such a dialogical process (Abma & Broerse, 2010), not much is known how 

a good dialogue between supposedly unequal partners can be fostered. Proportional 

deliberation is often seen as a way to prevent domination of established parties, but whether 

this is the best way to overcome power differentials in the context of research agenda setting 

is unknown (Karpowitz, Raphael, & Hammond, 2009).   

The purpose of this article is to indicate how a dialogue in the context of health research 

agenda setting can be established and what steps are required to establish partnerships 

between patients and researchers for creating an integral research agenda. We report a case 

study that aimed at setting an participatory research agenda on neuromuscular diseases 

(NMD) in the Netherlands. The research agenda that resulted from this project was previously 

published (Nierse, Abma, Horemans, & van Engelen, 2013). This article focuses on the steps 

that were taken in order to establish a dialogue between patient with NMD and researchers.   

 

6.2 METHODOLOGY  

6.2.1 SETTING 

NMD are characterized by chronically progressive muscle weakness and many patients are 

severely restricted in activities and participation in their daily lives (Cup et al., 2011). There 

are over 600 different types of NMD, and each of them is rare. Since a curative or even a 

stabilizing treatment is currently not available for most people with an NMD, patients are 

being treated only symptomatically by rehabilitation therapy. Important stakeholders in the 

field of neuromuscular disease in the Netherlands include the Dutch Neuromuscular Research 

Centre (“Interuniversitair Steunpunt Neuromusculair Onderzoek”, ISNO) and the Dutch 

Association for Neuromuscular Diseases (“Vereniging Spierziekten Nederland”, VSN). The 

Research Centre has stimulated research and interuniversity collaborations between 

fundamental and clinical researchers. While research had initially a neurological focus, more 

recently the interest in rehabilitation research has been growing (Cup et al., 2011).  

  

Since 1967  the VSN has been active as advocates for patients (Boon & Broekgaarden, 2010). 

In 2016 the VSN had about 9,000 members, grouped in 14 Pagina: 153 

clusters of diagnoses. Traditionally the VSN has been oriented towards stimulating research. 

There have been extensive contacts with clinicians and researchers. Yet, till the start of the 

agenda setting project members of the VSN were only incidentally involved in research, for 

example in meetings with a medical advisor. It was therefore unclear which topics they found 

important for research and how they could more actively participate in research. The project 

aimed at formulating an integral research agenda that covered both the perspectives of 

patients as well as researchers. Simply reserving a seat for a patient in a grant committee or 

consulting a panel seemed not enough to realize this goal. A dialogue model was used to 

exchange perspectives and generate shared research agenda (Abma & Broerse, 2010).  

 

6.2.2 DIALOGUE MODEL 

The dialogue model is a multi-stakeholder and multi-phased methodology designed to 

develop an integral research agenda. The dialogical agenda setting process consists of 

different phases with specific goals and activities (Abma & Broerse, 2010). These are 

connected in an iterative and cyclical process in which dialogue takes place both within and 

among stakeholder groups.  The model is inspired by responsive evaluation, an approach 

striving for personal and mutual understanding through dialogue (Abma & Widdershoven, 

2005; Abma & Stake, 2001; Greene & Abma, 2001; Stake, 1975). Dialogue is a process of 

perspective taking and learning, and can lead to an extension of one’s perspective, a 

broadening of horizons (Gadamer, 1960). Since understanding always takes place within a 

specific perspective, it can be enlarged by a change of perspective. This change is not 

something one primarily decides for; it is something one goes through when confronted with 

new, unfamiliar experiences (Abma & Stake, 2001; Guba & Lincoln, 1989; Schwandt, 2001). 

Dialogue requires that all parties are open to one another and prepared to listen and exchange 

views and perspectives (Abma & Widdershoven, 2005; Widdershoven, 1999). 

To foster dialogue, the Dialogue Model creates space for the exchange of perspectives, 

opinions and experiences, possible controversies, contradictions and ambiguities. The 

diversity of perspectives is cherished as a potential for mutual learning, rather than obviously 
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expecting agreement between parties. Special attention is paid to include the perspective of 

marginalized and vulnerable groups in the process (Abma, 2001; Baur, Abma, & 

Widdershoven, 2010; Greene, 2001). Other important aspects of the Dialogue Model include: 

the active involvement of stakeholders from beginning to end; valuing experiential 

knowledge; mutual learning between stakeholder parties; emergent and flexible research 

design; and setting social conditions for an equal dialogue (Abma, 2005).  

The role of the researcher in dialogue is more like a facilitator who creates the conditions for 

a good dialogue, where different stakeholders exchange perspectives and a mutual learning 

process is initiated (Schwandt, 2001b).  

 

6.2.3 DESIGN 

In the NMD agenda setting project the collaboration between patients and researchers began 

with jointly writing the research proposal. The research project lasted 18 months. It was 

initiated and financed by the Netherlands Organization for Research and Development 

(ZonMw). The aim of the project was to generate an integral research agenda, and to validate 

the dialogue model. The phases in the process consisted of creating commitment for the 

project, consulting stakeholder groups separately on research, setting research priorities for 

each stakeholder group, and organizing a dialogue with different stakeholder groups. We 

summarize the phases and activities of the research process below. 

 

6.2.4 PHASES 

The first exploratory phase aimed to familiarize with the field of NMD, to identify the 

stakeholders and to create commitment for the project. This included information and 

communication to researchers and patients. A transdisciplinary team and an advisory group 

were formed. Furthermore preparations were made for the next phase.  

During the consultation phase patients were interviewed. Patients (N=11) were approached 

by the VSN and selected by the team on the basis of variation relating to the diagnoses (see 

table 1). The interviews took place at the homes of patients, lasted about 1,5 to 3 hours and 

focused on the life history and illness trajectory. Next, three focus groups were organized 

  

(N=26). Then two expert meetings with VSN representatives of the selected diagnoses were 

organized to help to interpret and validate the findings (N=11). In addition researchers, 

physicians and paramedics (N=12) were interviewed on the current research practice and 

what they thought were important topics for the future from their perspective (see table 2).  

 

Table 6.1  Overview of participants in interviews, focus groups and expert meetings.  

 Interview  

 

Focus group  

(3 groups) 

Expert meeting 

(2 meetings) 

Total 

ALS 3 - 2 (proxy: 2 
partners) 

5 

DMD 1 (proxy: 
parents) 

2 2 (proxy: 2 
parents) 

5 

HMSN 1 6 2 9 

MD 1 8 (proxy: 2 
partners) 

2 11 

PPS 1 5 2 8 

SMA 1 5 1 7 

Total 8 26 11 45 

 

Table 6.2 Overview of researchers and/or care professionals that were interviewed.   

 Interviewed (N=12) Involved in NMD research 

Neurologist 3 Yes, all 

Rehabilitation specialist 3 Yes, all 

Physiotherapist   1 Yes 

Occupational therapist 1 Yes 

Nurse 2 No 

Social worker 2 No 
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In  the prioritization phase a questionnaire was used to prioritize the research topics of 

patients. This started with the preparation of a questionnaire for NMD patients. The 

questionnaire consisted of three parts. One part concerned relevant characteristics of the 

respondents. The second part focused on the prioritizing of three research themes. The third 

part of the questionnaire concerned evaluative questions and invited the respondents to 

make remarks. The VSN distributed 246 digital questionnaires to their members. One week 

after distribution a reminder was sent. In total, 171 NMD patients returned a completed 

questionnaire (response rate 69.5%). The outcomes were discussed with the VSN. The 

priorities of professionals were clustered by the project team based on the data of the 

interviews in phase two.  

In the integration phase a dialogue was organized between patient representatives from the 

VSN and researchers. The dialogue was fostered by two facilitators. A staff member of the VSN 

was also present to support the representatives. As part of the programming and 

implementation phases a report, including recommendations for the VSN, ISNO and ZonMw, 

was written. Having received the report the directors of the VSN and ISNO decided to hand 

over the report to the director of ZonMw during a symposium on patient participation in 

research. One of the aims of this meeting was to attract the attention of the main funders of 

research, and gain some commitment for the implementation of the agenda.  

 

6.3 RESULTS: STEPS TOWARD ESTABLISHING A DIALOGUE 

Several steps proved essential in establishing a dialogue between patients with NMD and 

researchers in order to create an integral research agenda.  

 

6.3.1 BUILDING TRUST AMONG A MIXED PROJECT TEAM 

Even before the project officially started the main stakeholders were already engaged in 

collaborations, writing together the research proposal. Meetings were organized with a staff 

member of patient organization VSN, a neurologist who was at that time head of the 

Neuromuscular Research Centre ISNO and a researcher with a background in social sciences 

from the facilitating university. These persons later also participated in the project team, 

  

which was completed with a junior researcher from the facilitating university. This meant that 

both parties (patients and researchers) had an influence on the process from the very first 

beginning. The project team met regularly, once in the three or four weeks, and once in six 

months with the advisory group. This group was composed of representatives of the VSN, 

ISNO, ‘Revalidatie Nederland’ (‘Rehabilitation Netherlands’, a national federation of 

rehabilitation clinics) and ZonMw. During the team meetings the initial commitment was 

further broadened within the participating organisations. 

The project team had open discussions where each and every one had an input. An important 

discussion during this phases was the selection of diagnoses. Given the diversity of NMD it 

was decided to focus on a representative selection of incurable NMD, because this contains 

by far the greatest group of diagnoses and because it was expected that here the greatest 

benefits within research might be realized. Selection criteria were degree of progressiveness, 

hereditariness, severity of symptoms, age of onset and rarity of the disease. After intense 

discussions the following diagnoses were included: Amyotrophic Lateral Sclerosis (ALS), Spinal 

Muscular Atrophy (SMA), Post-Polio Syndrome (PPS), Hereditary Motor and Sensory 

Neuropathies (HMSN), Duchenne Muscular Dystrophy (DMD), and Myotonic Dystrophy (MD) 

(see table 3 for general characteristics). The VSN representative had a prominent role in this 

discussion, and the ISNO member was open to arguments raised by the patient association, 

and vice versa. For instance, although SMA was initially not included in the selection of 

diagnoses the VSN succeeded in adding this to the set on the bases of the following 

arguments: severity of limitations that patients experience in their daily lives and limited 

research on SMA in the Netherlands.  

 

Table 6.3 General characteristics of the selected neuromuscular diseases 

NMD diagnosis  General characteristics 

Amyotrophic Lateral 
Sclerosis  

(Lou Gehrig’s disease) 
(ALS) 

Muscle weakness and wasting away of all muscles; 
symptoms include stiff muscles, cramps and stumbling; 
onset between 55-75 years of age; progresses quickly; 
results in respiratory failure, mostly within three to five 
years after diagnosis; underlying cause unknown 
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Neuromuscular Research Centre ISNO and a researcher with a background in social sciences 

from the facilitating university. These persons later also participated in the project team, 

  

which was completed with a junior researcher from the facilitating university. This meant that 

both parties (patients and researchers) had an influence on the process from the very first 

beginning. The project team met regularly, once in the three or four weeks, and once in six 

months with the advisory group. This group was composed of representatives of the VSN, 

ISNO, ‘Revalidatie Nederland’ (‘Rehabilitation Netherlands’, a national federation of 

rehabilitation clinics) and ZonMw. During the team meetings the initial commitment was 

further broadened within the participating organisations. 

The project team had open discussions where each and every one had an input. An important 

discussion during this phases was the selection of diagnoses. Given the diversity of NMD it 

was decided to focus on a representative selection of incurable NMD, because this contains 

by far the greatest group of diagnoses and because it was expected that here the greatest 

benefits within research might be realized. Selection criteria were degree of progressiveness, 

hereditariness, severity of symptoms, age of onset and rarity of the disease. After intense 

discussions the following diagnoses were included: Amyotrophic Lateral Sclerosis (ALS), Spinal 

Muscular Atrophy (SMA), Post-Polio Syndrome (PPS), Hereditary Motor and Sensory 

Neuropathies (HMSN), Duchenne Muscular Dystrophy (DMD), and Myotonic Dystrophy (MD) 

(see table 3 for general characteristics). The VSN representative had a prominent role in this 

discussion, and the ISNO member was open to arguments raised by the patient association, 

and vice versa. For instance, although SMA was initially not included in the selection of 

diagnoses the VSN succeeded in adding this to the set on the bases of the following 

arguments: severity of limitations that patients experience in their daily lives and limited 

research on SMA in the Netherlands.  

 

Table 6.3 General characteristics of the selected neuromuscular diseases 

NMD diagnosis  General characteristics 

Amyotrophic Lateral 
Sclerosis  

(Lou Gehrig’s disease) 
(ALS) 

Muscle weakness and wasting away of all muscles; 
symptoms include stiff muscles, cramps and stumbling; 
onset between 55-75 years of age; progresses quickly; 
results in respiratory failure, mostly within three to five 
years after diagnosis; underlying cause unknown 
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(National Institute of Neurological Disorders and Stroke 
(NINDS), 2013).  

Duchenne Muscular 
Dystrophy (DMD) 

Weakness of all muscles; genetic cause; affects boys 
who start experiencing symptoms from age two (girls 
can be carrier of the disease); progresses quickly; 
symptoms include frequent falls, trouble running or 
jumping, muscle pain and stiffness, learning difficulties; 
often results in respiratory failure or diseases of the 
heart muscle (National Human Genome Research 
Institute (NHGRI), 2013; National Institute of 
Neurological Disorders and Stroke (NINDS), 2017).  

Hereditary Motor and 
Sensory Neuropathies 
(Charcot-Marie-Tooth 
disease) (HMSN) 

Muscle weakness, mostly in arms and legs; onset 
usually in teens; can progress slowly or quickly; 
symptoms may include frequent tripping or falling, foot 
deformities, pain (mild or severe), difficulty with fine 
motor skills in the hand (National Institute of 
Neurological Disorders and Stroke (NINDS), 2018a).  

Myotonic Dystrophy 
(MD) 

Muscle wasting and weakness in lower legs, hand, neck 
and face (stiffness and tightness of the muscles); also 
affects other body systems; progresses slowly, but 
sometimes with sudden increase in symptoms; onset 
mostly between 20-30 years of age; hereditary 
(anticipation over generations) (National Human 
Genome Research Institute (NHGRI), 2017). 

Post-Polio Syndrome 
(PPS)  

Affects only survivors of poliomyelitis virus years 
earlier; further weakness in muscles that were 
previously affected; other symptoms include fatigue 
and decreased muscle size, pain and scoliosis; 
progresses slowly (National Institute of Neurological 
Disorders and Stroke (NINDS), 2018b). 

Spinal Muscular 
Atrophy (SMA) 

Weakness and wasting away of muscles, mostly in arms 
and legs; hereditary; severity of symptoms, progression 
and age of onset vary for different subtypes; 
complications include scoliosis (National Institute of 
Neurological Disorders and Stroke (NINDS), 2018c).  

 

The mixed team enhanced the quality of the project as both patients and researchers had an 

input, which was crucial to establish a partnership based on equality, trust and mutual respect. 

After some time a leading neurologist and rehabilitation specialist became ambassadors of 

patient participation. 

  

6.3.2 DELIBERATION AND EMPOWERMENT AMONG PATIENTS 

In order to prepare patients for a dialogue with researchers, we started with developing an 

agenda from the perspective of patients via a) interviews, b) focus groups, c) expert meetings, 

and d) a questionnaire. It was decided to consult patients and researchers separately from 

each other to prevent domination of one group by the other (Nierse & Abma, 2011). It was 

expected that patients needed more time to develop their voice and agenda than the 

researchers, because they had never been involved in research before. With the patient 

organization preparations were made for the interviews and focus groups. A topic list was 

constructed based on the items in the ICF model as well as on life experiences reported by 

patients. Subsequently, a literature study was conducted using scientific literature as well as 

autobiographic stories at the VSN website, in VSN brochures and a book (Lukassen, 2002).  

As we started with interviewing patients, getting their personal story, their experiences were 

further deepened in focus groups. The deliberation among patients helped to voice lived 

experiences and develop an agenda from the perspective of patients. A fragment of a 

deliberation within a focus group illustrates how those involved enhanced their own 

understanding with a help of others. This fragment comes from a group called The Jackies, a 

group of youngsters with various NMDs who met regularly. In the focus group meeting the 

following conversation evolved: 

 

Participant A: I always have cold hands and when they are that cold, I can’t do anything. 

How can I warm them?  

Participant B: There is something for that, hold them under cold water.  

Participant A: But that doesn’t help, [when I get them out] they get cold again, especially 

in the winter.  

Participant B: Actually circulation is an issue, circulation in general. For example your legs: 

cold legs, the feeling that your legs are not there. A warm water bottle doesn’t help, if it’s 

cold, I would like that my legs warm more from within.  

A group of adults with MD discussed the impact of the disease on their partners and 

intimate relationships: 
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Participant R: The world needs to be more open. Sometimes this is simple, but sometimes 

it concerns complicated, psychological issues ... like for instance the difference between 

men and women. I think men experience more problems than women. What do you think? 

[Laughter] 

Participant R: I just want to know what you think. 

Participant B: No, it is vice versa. At least, in the case of MD we looked at the patient, male 

or female, and the partner, male or female. One out of four female partners is the one 

who suffers most from stress, more than the male patient or the female patient.  

Participant V: I immediately believe that. 

Participant R: Do you? 

Moderator: The female informal caregiver? 

Participant R: That is indeed the one who experiences the most stress.  

Participant V: I think that many female partners do indeed trap into that trap, that it is 

expected of them, like a duty, that they have to care. While there was in our ALS working 

group also a woman whose husband got ALS, she said: ‘I am not going to do that. She just 

said that from the beginning: I am not going to take care of you. I want to keep our 

intimate relationship pure, that we stay man and wife.’ I respected that. She got a lot of 

comments, but I think that is important. The wider environment expects of women to take 

care. 

Participant V: Acting as an informal caregiver. 

Participant R: Especially when you’re financially dependent. Those with the lower incomes 

in society, for them it is harder to arrange it for themselves.  

 

A process of consensual validation not only helped to enhance the quality, but also fostered a 

broader support or foundation for the research agenda among VSN members. Especially in 

focus groups where patients could relate to each other’s backgrounds (e.g. patients in the 

  

same age category like The Jackies or patients with the same diagnosis like MD), they started 

to deliberate and exchange experiences, which led to new ideas. As a result the deliberation 

among patients led to the development of a research agenda which was clearly different from 

the one developed by the researchers (Nierse et al., 2013). This is worth noting, because it is 

sometimes expected that the agenda of patients will be largely intertwined with the scientific 

domain, and not be that authentic. And of course, the subjectivity of patients is not completely 

shielded off from scientific developments, but embedded in, and created by, scientific 

discourses (Baart & Abma, 2011). Yet, we see here that patients, if they are included in a 

deliberative process, may formulate a research agenda which has not yet been taken up in the 

scientific domain, and have priorities that differ from the current research agenda. It proved 

important to invest firstly in a deliberative process within the group of patients, in order for 

them to find their collective voice.  

The research themes and topics mentioned by patients are visualized in figure 1. The circled 

topics in the quadrants are main themes for research. The underlined topics received a high 

priority from patients in the questionnaire. 
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Figure 6.1 Research topics from the perspective of patients with neuromuscular disease.  
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deliberative process, may formulate a research agenda which has not yet been taken up in the 

scientific domain, and have priorities that differ from the current research agenda. It proved 

important to invest firstly in a deliberative process within the group of patients, in order for 

them to find their collective voice.  
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Figure 6.1 Research topics from the perspective of patients with neuromuscular disease.  
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The figure clearly demonstrates that the agenda of patients covers a broad terrain of themes, 

including health, quality of life, quality of care and support, and basic problems. As such it 

differs from the research agenda of the researchers which was quite focused and relatively 

small.  

 

6.3.3 INCREASING INVOLVEMENT OF A CORE GROUP OF EXPERIENTIAL EXPERTS 

During the first phase we discussed involving patients with NMD as research partners in the 

agenda setting process, in which they would participate in all stages, including interviewing 

other patients and facilitating focus groups. The VSN staff was reluctant to work with patients 

as research partners, since they worried that their active members would become 

overburdened when actively participating in all activities. They also questioned whether 

patients could speak on behalf of others given the range of NMD diagnoses (compare: (Abma, 

2005a). Instead the facilitators worked along with two VSN staff members preparing and 

carrying out the data-collection, analysis and dissemination. Working closely together with 

these VSN members helped to tune in on the needs of patients and their perspectives, and to 

match research activities with events for members. Also, the staff members were experienced 

in consulting their base, for example in distributing digital questionnaires. Along the way an 

active group of experiential experts became interested in the project. They were active 

members of various diagnosis groups of the VSN and they were approached at the moment 

that the project team had still doubts about the saturation of the findings after the interviews 

and focus groups with patients were analysed. Subsequently two expert meetings were 

organized with these members, who can be seen as experiential experts, since they could not 

only draw from their own experiences, but also had extensive knowledge of experiences of 

other patients with NMD from their respective diagnoses groups.  

During one of these expert meetings a discussion emerged concerning a major issue, namely 

the priority given to fundamental research: 

 

Experiential expert A: Restitution is at this moment often not possible, and that implies 

that many people are confronted with the question, what should I do with my future? For 

  

young people: Can I finish my education? Can I get a job? Can I function in society? And 

after a while everyone makes up his or her mind, and then the question arises how do I 

arrange this, those are fundamental questions, because if there is no cure, or prevention, 

then you still need to shape your life in a meaningful way, with lots of care, and with lots 

of devices. 

Moderator: What does this mean in terms of research topics? 

Experiential expert B: I see clearly two streams. Cure, research searching for solutions of 

problems, that is priority. But on top of that, you should not forget that there are many 

people who suffer from symptoms that need to be solved. And then we talk about other 

things like...  

Experiential expert C: Shouldn’t you say, cure and prevention those are the endpoint. We 

want that for each of us, but it is an endpoint. Like genetics, we won’t solve that with a 

pill or medication. But all our people have to deal with daily issues, how do I solve those? 

Can these problems be reduced? Like if we have pain, can the pain be less so that I can 

walk? So, that I do not need the wheel chair all the time.  

Experiential expert: Symptomatic treatment. 

Experiential expert A: Yes, and you should do both. 

 

After these meetings these experiential experts had just indicated that they wanted to get 

engaged more actively in the process, and were able to deepen and add to the previous 

findings on the basis of their experiential expertise and broader knowledge of VSN members. 

Later on they were again consulted to give feedback on the set up of the questionnaire and 

its outcomes. For example they commented on a draft of the questionnaire, remarking that is 

was too long and people would not be able to finish it (phase 2). When discussing the 

outcomes, they could explain why, from their perspective, certain topics gained the highest 

priority in the questionnaire (phase 3). As they were well informed and became more 

committed to the agenda setting process, some of these experts also participated in the 

dialogue meeting with the researchers (phase 4). This group was thus not foreseen and 

emerged naturally and spontaneously during the process because the project team responded 
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problems, that is priority. But on top of that, you should not forget that there are many 

people who suffer from symptoms that need to be solved. And then we talk about other 

things like...  

Experiential expert C: Shouldn’t you say, cure and prevention those are the endpoint. We 

want that for each of us, but it is an endpoint. Like genetics, we won’t solve that with a 

pill or medication. But all our people have to deal with daily issues, how do I solve those? 

Can these problems be reduced? Like if we have pain, can the pain be less so that I can 

walk? So, that I do not need the wheel chair all the time.  

Experiential expert: Symptomatic treatment. 

Experiential expert A: Yes, and you should do both. 

 

After these meetings these experiential experts had just indicated that they wanted to get 

engaged more actively in the process, and were able to deepen and add to the previous 

findings on the basis of their experiential expertise and broader knowledge of VSN members. 

Later on they were again consulted to give feedback on the set up of the questionnaire and 

its outcomes. For example they commented on a draft of the questionnaire, remarking that is 

was too long and people would not be able to finish it (phase 2). When discussing the 

outcomes, they could explain why, from their perspective, certain topics gained the highest 
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committed to the agenda setting process, some of these experts also participated in the 

dialogue meeting with the researchers (phase 4). This group was thus not foreseen and 

emerged naturally and spontaneously during the process because the project team responded 
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to the enthusiasm and willingness of the group to become actively involved. From the 

consultation phase the group got more actively engaged, and gradually took on more 

ownership of the agenda setting process. The value of this group was grounded in the 

gatherings and discussions over the course of the project which heightened their personal and 

collective understandings of the patients’ priorities. The knowledge base the group build up 

also made it easier to enter into a dialogue with researchers.  

These experiential experts were enthusiastic, embraced the possibility to have a say and 

perceived the project as a chance to develop their voice in NMD research. During the project 

this group more actively engaged in the agenda setting process. In the next sections we reflect 

on the critical steps that were taken to bridge the agendas of the stakeholders, and their role 

in this. 

 

6.3.4 FOSTERING OPEN MINDEDNESS IN A DIALOGUE 

A week prior to the dialogue meeting among stakeholders the project team discussed the 

setup of the meeting and prepared members from the group of experiential experts for the 

dialogue. The participating researchers were selected on the basis of their engagement in the 

agenda setting process and openness towards the perspectives of patients. Also, it was 

decided to include both neurology as well as rehabilitation medicine as fields of expertise. Via 

a telephone call they were informed about the meeting. Instead of negotiating about two 

priority lists (i.e. with research priorities set by patients and researchers separately), the 

dialogue started with the patient research agenda. Professionals were invited to match this 

agenda with their own agenda. To add context and meaning the experiential experts from the 

VSN presented each research priority relating it to their own lived experiences but also to 

what they saw were experiences of others. So, for example, a man with MD who also had a 

daughter with the same diagnosis talked about fatigue and the difficulty in partner and family 

relations.  

The dialogue began with the acknowledgement of the value of fundamental research. Yet, the 

experiential experts brought to the fore that patients placed fundamental research into 

perspective: that cures will only become available in the long run, but every patient suffers 

daily from a variety of symptoms like pain and fatigue. For them, it was not always clear what 

  

related to the specific NMD diagnosis and what was caused by something else. A quote from 

a man with SMA illustrates the mixed feelings towards fundamental research:  

 

“Cure is a very important facet. But you have to realize that you will end up with very basic 

fundamental research, that can be quite different for various neuromuscular diseases. I 

doubt whether you will then save any resources for applied research. How to cure NMD? 

Well, just put a few hundred million on the table, then they can perhaps make a start.” 

  

It was therefore argued that other problems, related to symptoms and complaints in their 

everyday lives, needed more attention since they affected their Quality of Life directly. One of 

the participating researchers could easily relate to this conversation and told how 

fundamental research might lead to shortcuts on symptomatic research. He gave an example 

to underscore this:  

 

“FSHD [Facioscapulohumeral muscular dystrophy] is a good example. In 1983 a lopus 

was found on DNA, and then people said, just wait with rehabilitation and treatment, 

because within a few years we will solve that disease. Those people are now a little 

frustrated, because after ten years of research the gene has still remained unsolved. In 

the meantime people have been left alone in the dark, because researchers said the 

money should go to DNA. That is a real danger.”  

 

Also, did he tell how improvements in respiratory support had increased both the life 

expectancy and the quality of life of boys with DMD and patients with ALS. A silent revolution 

in his eyes: 
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”You hear nothing about this, there is no industry behind it, there is nobody behind it, there 

is no ego involved. Yet, it is something I want to promote, because it has been the most 

important change of the recent years. For me it is a pyramid, it is a pars pro toto.”  

 

Another doctor responded to the story of a father about the influence of the disease of his 

son on the whole family. He explained that he knew cognitively how important research on 

Quality of Life was, but this story made him realize that more emphasis should be placed on 

the factors that influence the Quality of Life and how treatments could enhance the Quality 

of Life. This conversation then led to the shared conclusion that more emphasis should be 

placed on research of symptomatic treatment. 

What we could see is that the participants in the dialogue were open, respectful and 

constructive. They were selected for this open minded attitude, but also for their commitment 

to the agenda setting process, having been involved in previous activities also. The researchers 

were able to listen and to empathise with the patients. The patients were very articulate in 

explaining the uncertainties and questions of patients. Furthermore, it was decided to take 

the research agenda from the perspective of patients as the point of departure and to let the 

researchers react on it. Instead of asking patients to join in the dominant scientific paradigm 

and academic jargon and start a process of bargaining that may fuel strategic behavior, 

patients and researchers were stimulated to enter a dialogue. Dialogue is a very particular way 

of organising a communication between people. From a hermeneutic perspective dialogue is 

characterized by mutual learning and understanding (Gadamer, 1960). So while bargaining 

aims to strengthen one’s strategic position, Gadamerian dialogue aims to heighten the mutual 

understanding. In our case participants had to start searching and probing ways of 

collaborating, and exchanging perspectives and using this diversity in a constructive way. A 

dialogue that is open, deliberative and inclusive facilitates this exchange and ultimately results 

in a mutual learning. The patients explained their research topics from their own experiential 

knowledge, and what they expected from research on NMD. The researchers learned from 

the practical problems that patients experienced in their daily lives and were challenged on 

how to incorporate these in their research.  

  

In the evaluation of the meeting participants said they experienced support from each other. 

Patients discovered that researchers were willing to take their agenda  seriously into account. 

The researchers experienced that some of their research actually matches the agenda of 

patients, for example research on training and mobility and research about fatigue. They had 

become more aware of research on Quality of Life and well-being and how patients with a 

NMD expect this would actually influence their daily lives. Participants also expressed the 

willingness to work together more closely as allies in realizing the implementation of their 

shared agenda. In a reflection all noticed how important a partnership was. A VSN 

representative: 

 

“It is important to note that we should not just do scientific research, but that we should 

also talk to each other. It is important that we have a website, that we have a VSN that 

connects us as patients, that we have the ISNO network. That is unique in the world. So, it 

is not just knowledge production, but the application of knowledge, getting the knowledge 

on the road.”  

 

One of the researchers observed: 

“Yes, we are easily reaching an agreement, because we talk to each other. Not just today, 

but continuously. Those people are gathered around the table. One should also include 

those people who never talk with patients.” 

 

In sum, a successful dialogue meeting was organized between researchers and patients. The 

integration of both agendas can however not be reduced to this particular moment in which 

experiential experts and researchers met in a dialogue meeting. The process leading up to this 

meeting, with several critical steps leading to increasing involvement, mutual learning and 

partnership, helped to facilitate the integration of their agendas.  
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6.4 DISCUSSION 

The attention for patient participation in research and particularly in research agenda setting 

more is growing, but is still in its infancy. The agenda setting process for NMD research can 

thus be viewed as a ‘niche’; a relatively isolated experiment were parties have been involved 

in a process of experimentation and learning (Elberse, Caron-Flinterman, & Broerse, 2011; 

Geels, 2004).  

It is known that such innovative and participatory processes often die after the project ends, 

or that patient are no longer involved in the later phases of programming and implementation 

(Abma, Pittens, Visse, Elberse, & Broerse, 2015). So, one may question whether the 

partnership will have a more lasting status and results in a more consistent inclusion of 

patients in decision-making processes. Certain factors indicate that the VSN-ISNO partnership 

in research has become more permanent. This relates to the history of the project that could 

build on relations between the VSN and ISNO that were already in place. The project focused 

on those researchers and patient representatives that were willing to play a role as change 

agent. They were intensively involved in the project and one may expect that they continue 

to act as ambassadors for the implementation of the research agenda and for patient 

participation in health research.  

A consortium of researchers has actually incorporated the patient perspective as a study in 

their FACTS2NMD trial (Bakker, 2016; Koopman et al., 2010). We have also noticed that the 

directors of both organizations were willing to adopt the agenda and to work as allies in their 

relation with the main charity funds. A major facilitating factor has been the way the patient 

community is functioning. The VSN is a strong and professional patient association, and their 

patient representatives are well-informed, articulate, ambitious and willing to participate in 

research. They are strong players in terms of self-organization, self-awareness and 

assertiveness, which is sometimes lacking in other patient associations. The VSN is thus an 

ideal organization with members that are capable to become equal partners in research.  

Yet, the project team also identified several barriers for the implementation of the shared 

NMD agenda. One of the main barriers relates to the funding procedures and processes. First 

of all, it should be noted that this project was funded by a governmental organization for 

research and development and not by the main charity fund for neuromuscular research. At 

  

the time of the project this fund prioritized fundamental molecular research on NMD. There 

was not much room for the participation of patients in research and the chance that the 

integral agenda would gain funding was relatively low. Another barrier related to the 

individual researchers and the way the research community was organized. There were and 

still are many researchers who remain sceptic about the added value or even the feasibility of 

patient participation in research, and those who do expect a surplus value can lack the 

competences needed for facilitating patient participation. Moreover, established researchers 

have their own research expertise build up over a long period of time and they are not easily 

motivated to broaden their view in order to include new perspectives in their domain of work. 

This especially the case if their research on NMD is very focussed and specialized. When 

engaging in multi- or interdisciplinary research collaborations, most researchers in the field of 

NMD may seek the expertise of geneticists or microbiologists, but not often of professionals 

in health care or people with experiential expertise.  

Furthermore, collaborations between neurologists and rehabilitation specialists are no longer 

an exception, but research on topics relating to improving Quality of Life requires broader 

collaborations with for instance paramedics, (research) nurses, occupational therapists and 

psychologists. Ultimately, interdisciplinary research on improving Quality of Life or Quality of 

Care can be more challenging to achieve in an arena that tends to attach more value to 

scientific output as publications in academic journals and not so much to working with other 

stakeholders to implement outcomes into practice or to foster an ongoing dialogue on how to 

achieve improvements in peoples’ daily lives.   

 

6.5 CONCLUSION  

Starting up partnerships between parties that have different scopes, interests and research 

agendas can be a real challenge. The integral agenda setting project on NMD research shows 

that patients and researchers can be connected in a process to begin an exchange and 

broaden perspectives on health research. This process was facilitated along the lines of a 

dialogue model. Several critical factors have been identified that were crucial to start up a 

dialogue, among them a) the mixed team composition, consisting of a staff member from the 

patient association, a neurologist in the field of NMD and two facilitating researcher; b) 
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deliberation and empowerment among patients with NMD; c) the  increasing involvement of 

a group of experiential experts; and d) fostering open mindedness in dialogue.  

Participation of patients in setting an agenda for research requires an ongoing interactive 

process that is well structured and organized, but still flexible in order to adjust to needs of 

the parties involved for the degree of participation. In the initial phase deliberation among 

patients is important to generate an agenda that is more than a repetition of the topics that 

are already part of the scientific agenda, but instead is based on their own experiences and 

ideas. Later on deliberation is required to set the conditions for a balanced dialogue between 

different stakeholder parties. Instead of entering a strategic process of bargaining (e.g. “which 

topic should come first?”) it is recommended on the basis of this case to foster a 

communicative action targeted at mutual understanding, mutual learning and enrichment. 

Flexibility of the facilitator to respond to chances and initiatives emerging the process helps 

to tune in on the dynamics at play and to build a network of allies who want to act as change 

agents. 

The agenda setting process as described in this article still has a small scale. Although some 

leading individuals and organizations are in favour of patient participation in NMD research, 

on a more structural level constraining factors are found such as the funding structures and 

procedures, and the research community. However other developments may contribute to 

the continuation of this partnership between patient organizations and researchers. Worth 

mentioning are the other agenda setting processes that have been initiated in The 

Netherlands (Abma et al., 2015) and in other countries (Cook, 2012; Crowe et al., 2015; 

Madden & Morley, 2016; Oliver, 2006; Soanes, Gibson, Hannan, & Bayliss, 2003; Thompson, 

Bissell, Cooper, Armitage, & Barber, 2014; Tong et al., 2008; Welfare, Colligan, Molyneux, 

Pearson, & Barton, 2006; Wright, Corner, Hopkinson, & Foster, 2006). We witness a growing 

interest among the charity funds commissioning projects in which patients and patient 

organizations participate as equal partners (Teunissen et al., 2013). These developments may 

help to anchor patient participation in the culture, structure and work routines of research 

practices.  
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