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Abstract

Although relatively rare, Huntington’s disease (HD) has fatal consequences. There
is no cure for the disease, which leads to an early death. Worldwide, scientists are
trying to develop therapeutic methods that could cure the disease, including new
molecular gene therapeutic methods. At Lund University, research on HD is now
about to step from animal models to trials with humans. The project is special in
its design since it involves both medical studies and socio-cultural and psychologi-
cal research to explore and meet the many challenges that experimental trials with
HD patients give rise to. The aim of the present study was to investigate the view-
points of individuals affected by HD on the issues of participation and exerting in-
fluence if taking part in a medical study on gene therapy that has not previously
been tested on humans. A total of 16 participants, recruited through the national
association for HD and through the neurological clinic at Lund University in Swe-
den, took part in a focus group or in a survey study. A thematic analysis, to explore
the transcribed text from the focus groups as well as from the written mail re-
sponses, was conducted by means of Nvivo, a program for qualitative data analysis.
Results showed three main themes expressing reasons for participation: participa-
tion as a last resort, as an activity of hope, and as a way to take responsibility for
the development of a cure that will benefit future generations. The responses relat-
ing to the question about affected individuals’ view of exerting influence resulted
in two themes. The first theme was having a voice when researchers design ex-
periments, which may give a sense of receiving respect. The second was that influ-
ence is an essential part of the information process before agreeing to take part in
an experimental trail.
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1. Introduction

Years later, I asked my Dad just what he said that afternoon. “I told you your
mother had Huntington’s chorea,” he says, “that it was a progressive, degenerative,
neurological illness, that it often caused madness, that it was always fatal, and that
both you and your sister each have a fifty-fifty chance of inheriting the illness
yourselves. You know what you both said?” he asks. “Fifty-fifty? That’s not so
bad.” That took a terrific load off my mind.

» «

But of course it wasn’t true,” I tell

him. “I was scared to death” [1].

In her autobiography, Mapping Fate: A Memoir of Family, Risk, and Genetic Re-
search, long since a classic and an important source of information for both scientists
and affected individuals, Alice Wexler describes the moment when her father told her
and her sister that the family was suffering from Huntington’s disease. Although she
knew for years that her mother was seriously ill, as other relatives were, it was impossi-
ble to digest the extent of her father’s information. She needed several years to be able
to talk to him about it again.

Huntington’s disease (HD) is a genetic neurological brain disorder in which affected
individuals lose their ability to walk, talk, think, and reason. The disease was previously
known as chorea, a term that is derived from the ancient Greek word for dance and al-
ludes to the afflicted individual’s movements that are not rhythmic, but appear to flow
from one muscle to the next. In Western countries, it is estimated that HD affects about
five to seven people per 100,000." Although relatively rare, the disease has fatal conse-
quences. It is genetically inherited with a 50% risk of being affected. There is no cure
for this disease and it leads to an early death. Worldwide, scientists are trying to de-
velop therapeutic methods that could cure the disease, including new methods of mo-
lecular gene therapy [2]-[4].

Developing treatments and medicines usually means that tests are done at the cellu-
lar level and in animal models. Thereafter, the method is ready for clinical trials with
humans. The fact that medical tests and experimental therapies, almost regardless of
what diseases the tests concern, must be translated to clinical settings in order to bring
the biomedical scientific progress to the patients involves a number of complex issues
[5] [6]. These relate to questions ranging from research design, safety, and therapeutic
effectiveness to psychosocial aspects [7] [8]. Furthermore, the development of medicine
creates a field of tension between hopes of successful cures and the real opportunities

that exist for achieving such therapies [9] [10]. Scholars of socio-culture and ethics

'http://www.ninds.nih.gov/disorders/huntington/huntington.htm
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suggest that this tension between hope and actual medical opportunities highlights
the importance of investigating patients’ views and expectations of medical research.
Equally important is to inform potential research subjects in a medical experiment what
the research means and not least what their role might be [11].

As discussed by many scholars, it is valuable to include laypeople, such as those
medically affected [12] [13]. However, even though the literature advocates an up-
stream engagement where laypeople are involved and given influence early in the re-
search process, there is a lack of studies that are empirically grounded in the potential
research subjects’ experiences [14]. There is little knowledge regarding, among other
things, HD-affected individuals’ own approach to possible participation in an experi-
mental study and their views on influence [15]. At Lund University, medical research
on HD is now about to step from animal models to trials with humans.> The project is
special in its design because it involves both medical studies and socio-cultural and
psychological research. The aim of this collaboration is to explore and meet the many
challenges that experimental trials with HD patients give rise to. An important task is to
fill the knowledge gap that exists regarding affected people’s perceptions of what it
means to them to participate in clinical trials as well as their thoughts on the possibili-

ties of exerting influence in medical research.

Aim of the Study

The present study focuses on the socio-cultural and psychological aspects of experi-
ments regarding HD. The objective is twofold: firstly, to gather knowledge about HD-
affected individuals’ views of participation in experimental trials as well as why they
consider participation; secondly, to gather knowledge about HD-affected individuals’

views of exerting influence in medical research about HD.

2. Method
2.1. Participants

A total of 16 (9 women and 7 men) participants took part in focus group meetings or
filled in a questionnaire. The questionnaires were filled in by those who were not able
to attend the meetings. The mean age of all participants was 51.8 (SD = 12.2). The
youngest participant was 30 and the oldest was 69 years old. The participants who took
part in the focus group interviews were affected by Huntington’s disease in this
way: Two participants were diagnosed with the disease, one was tested positive for the
mutated gene, one was at risk for carrying the mutated gene, four were relatives, and
one did not declare in what way s/he was affected. The participants who responded
by questionnaires were affected by Huntington’s disease in this way: One participant
was diagnosed with the disease, two were tested positive for mutated gene, one was at
risk for the disease, two were relatives and one did not declare how he/she was af-
fected.

*Project: RNA editering for behandling av Huntingtons sjukdom. RNA editing for the treatment of Hunting-
ton’s disease (Project number: K2012-99X-22330-01-5, ID: C0585401, the Swedish Research Council).
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2.2. Materials

In order to investigate the viewpoints of individuals affected by Huntington’s disease
(patients, carriers of the mutated gene or relatives) on the issues of influence and par-
ticipation in medical research, we performed focus groups and sent questionnaires by
letters.

The first questions that were explored in the focus groups and questionnaires were
participants’ views regarding taking part in a medical study that had not previously
been tested on humans. We asked about how the affected individuals viewed the pros-
pect of participating in an experimental medical study on gene therapy that involved
patients who were affected by Huntington’s disease, as well as why they could consider
participating in such an experimental study. In addition we posed a question about

their views on having an influence in medical research about HD.

2.3. Procedure

We conducted two focus groups with a total of nine participants. The focus groups
lasted between two and three hours and were conducted in Gothenburg and Lund.
Since several participants who lived far from these two cities wanted to participate,
some of these people received the questions from the focus groups by mail and in to-
tal seven people responded by mail. Participants in the focus groups were recruited
through the national association for Huntington’s disease and the neurological clinic at
Lund University Hospital. Letters with information about the study along with an invi-
tation to participate in the focus groups were sent to affected individuals through these
two channels. Those who wanted to participate in the focus groups contacted the re-
search group in order to give notice of interest.

2.4. Ethical Considerations and Ethical Approval

There are no medical risks in the study. However, participants in the focus group study
may experience discomfort about such detailed reporting on their disease problems,
which are incurable. It appears that the positive effects outweigh the negative ones since
the participants see the focus groups as a long-awaited way to vent difficult experiences
with others in the same situation. The Ethics Review Board in Lund approved the study
on 11 December 2013 (Dnr 2013/794).

2.5. Strategy of Analysis

A thematic analysis, to explore the transcribed text from the focus groups as well as
from the written mail responses, was conducted [16]. The analyses were performed by
means of NVivo, a software program for qualitative data analysis, to help organize the
material. The program facilitates analysis of texts since it can be used to create an
elaborate index system and generate categories of themes. Different expressions con-
cerning the participants’ views of taking part in an experimental medical study and of

how to influence when taking part in such a study were identified and coded. When all
3The Ethics Review Board, Lund, Dnr 2013/794.
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the transcripts and texts were coded, the contents of the different expressions were

analysed, looking for patterns of variation in the text, and clustered into themes.

3. Results

The results show that the majority were in favour of participation and also that the ma-
jority desired to have influence on HD research. The stated reasons for participation
resulted in three main themes. These themes are: participation is a last resort, participa-
tion is an activity of hope, and participation is a responsibility. The responses relating
to the question about affected individuals’ view of exerting influence resulted in two
themes. These themes are: To have a voice and get respect, and individual experiences
are essential for the information process prior to participation in an experimental

clinical trial.

3.1. Views of Participation

3.1.1. Participation Is a Last Resort

The participants in our study expressed a great willingness to take part in experimental
medical studies. There was no clear and single reason for the importance of participat-
ing in clinical trials. However, a frequent argument was that the lack of existing treat-
ments for the disease created vulnerability with no real choices. Many participants em-
phasised that this life situation offered no other possibilities for improving their situa-
tion than to participate in clinical trials. They also emphasised that, on the basis of their
lived experience with HD they were fully capable of making well-considered choices in
relation to participation in clinical trials.

And I think that these are rather well-considered choices, because they [affected and
relatives of affected] have lived with the disease and with diseased relatives, and have
seen the whole phase, this progressive degradation, that's how it is. It s like I just said,
our children they have seen their grandfather, you know... I don’'t want to experience
something like that... no way! I don’t to want live like that (with a progressive degrada-
tion).

One of the participants stressed that there was a need for “more invitations, I want to
participate”. Another one explained the need for invitations and participation as fol-
lows:

Huntington’s is the worst disease that you could be affected by. The progression of
the disease means a degeneration of the physical and mental abilities.

Yet another participant formulated it like this:

Had it been some other disease, where you could say that there is some medication
that could alleviate then it would have been different, but with this disease, there's
nothing and therefore you take the chances there are.

The extensive will to participate in medical research was related to the view of the
clinical trials as a last resort and to a hope for treatments of the disease. However, the
positive attitude also had elements of uncertainty concerning the experiments and the

expected results. The respondents were aware that it was impossible to predict the ef-
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fectiveness and potential side effects that might result from taking part in the study as
research subjects. Although the respondents were aware of uncertainties surrounding
experimental therapeutic interventions that had not been tested on humans before, they
did not consider participation in medical research as involving particular risks, but that
non-participation might entail a risk because any medical advances would not benefit
themselves. Two HD-affected people discussed the risk perspectives as follows:

P1: There€ s risk whatever way.

P2: Therée s more risk in not participating.

P1: It s not like you're going from something that doesn’t entail risks to something
that is filled with risks... It s not... you're always in some sort of zone that contains
risks.

Some participants explained that the risk perspective would be different if experi-
mental research were conducted on individuals who were not ill or had a disease for
which effective medication existed. If this were the case, it would be wise to discuss
risks. But since HD patients are seriously ill and there is no effective medication that
halts the progression of the disease, experimental research on such persons is different
in terms of risks.

I think that if s really a risk when you Il do this [a gene therapeutic intervention] at a
stage when the person still can live an active and, so to speak, a dignified life. But if the
disease has gone to those stages when the individuals are really sick, then I feel that if s
less risk, then you' re more inclined to take chances.

Some participants argued that even if the research did not yield novel treatments, or
they would not be eligible for such treatments, participation as a research subject would
nevertheless make it possible enable to gather useful information that otherwise would
be unknown. A pragmatic attitude towards uncertainties that in many cases are intrin-
sic features of experimental medical research was thus evident among the affected indi-
viduals. This pragmatic attitude also was evident in statements made about contempo-
rary research being more reliable and safe than before.

It s more safe and secure nowadays than earlier in relation to research. That's how I
think about it. You have to be... if s safer nowadays to participate in experimental trials.

The participants in our study argued that they had nothing to lose as a participant in

medical research on the disease. The participation in the clinical trials was a last resort.

3.1.2. Participation Is an Activity of Hope
The respondents described a situation where they experienced powerlessness while they
longed for self-control. A common statement was that they were not offered many op-
tions to change their life situation, thus participation in medical research could be not
only a way to improve their chances for a slightly better life but also a strategy to coun-
teract involuntary passivity and inactivity. This longing for activity was expressed by
one participant in the following words:

1 can feel some sort of trust... that something is happening, you get information and
you see that a new line of approach is coming, so to speak, that actually confirms that

something is happening |...] Then, sure... thafs just words, ifs text... if s not some-
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thing tangible [...] But even though, I can be happy because then I know that some-
body is thinking about us... Look there, now something has happened, and look there
[...] all of a sudden the world becomes much bigger [...] and you know;, that gives me
hope.

Apart from giving hope, news about research gives those who are affected by the dis-
ease a feeling of ongoing activity that compensates for their experience of passivity.
This was particularly evident when participants explained the feeling of receiving in-
formation that treatment is within reach of medical science. Despite the current situa-
tion of no available cure or treatment that halts the progression of the disease, some of
the people with HD still hoped for a cure, and explained that it was the idea of the pro-
gress of research that kept them alive.

In our family, it is so... intense. All my siblings have it and I have seen my grand-
mother and my grandmother's sister, she was detained for five months... New medi-
cines, that s what we hope for, it is about hope and life.

There were no references to specific treatments or any particular line of research on
HD, but rather to a general idea of hope that was generated by news about research ac-
tivities. Moreover, some participants were convinced that HD, because of scientific
progress, would eventually be eradicated, and they drew parallels to polio, which has
been eradicated in many parts of the developed world by effective vaccines.

So, if's a good thing if there s something coming out now because if' s a better situa-
tion research-wise... with computers, scanning, and so on... than how it used to be ear-
Ler.

Even if information about research progress were of great importance, some of the
participants mentioned that during 30 - 40 years of research on the disease “nothing
had actually happened” that radically changed the situation:

I think thafs a bit hard, because if s on two levels. On one hand, you can see that
something is happening; you can see that Karolinska [a research institute in Stockholm]
is doing something, and so on. But, on the other hand... [sighs]... if I should be more
practical, I would like to see... SOMETHING! I would like to see possibilities that en-
able me to act... And, that's good, that they re making progress at Karolinska, and in
Lund, but I m interested in those cases where there can be an early form of medication,
where therée s something that I can do... an early form of medication that you can try.

The steady stream of news and information about research that did not lead to any
concrete results in the form of an effective treatment gave rise to feelings of both resig-
nation and frustration. An ambivalent opinion about research could thus be discerned,
where the affected individuals on the one hand sensed that a lot of research on HD was
being conducted all around the world, while on the other hand they felt that nothing
had actually happened.

The desire to be active to counter the disease became evident not only in the desire to
participate in the clinical experiments, but also in the desire to seek out treatments
without approved clinical trials. This became striking in a discussion on the purchase of
stem cell treatments. Although treatments with stem cells were not scientifically proven

and therefore not available in Sweden, all participants except one said that if they had
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the money and the opportunity turned up, they would travel abroad and buy stem cell
treatments in order to be treated or cured of HD. The participant who was strongly
against this idea argued that it was unfair to be forced to pay in order to get treated. The
others agreed on this, but nevertheless emphasised that if they had the money, they
probably would still go. The discussion on unproven and illegal stem cell treatment be-
came emotional and harsh as it triggered a clash between the idea of equal rights to
treatment that the national health care system in Sweden rests on, and the precarious

situation of HD-affected as regards possibilities for treatment.

3.1.3. Participation Is a Responsibility

Although the respondents in general expressed trust and faith in medical research, they
were aware that researchers were not able to develop novel treatments for HD on their
own. At certain stages of their research, they will depend upon human research subjects
who are willing to participate in clinical trials of novel treatments. The affected indi-
viduals who took part in the study frequently spoke of themselves as being united with
medical researchers in the battle against HD. They talked about themselves as impor-
tant actors in the research, and that they should help the researchers.

It is obvious that there may be risks, but on the other hand, someone has to be the
guinea pig. And I'll be happy to be the guinea pig, it doesn’t matter...

The importance of taking part in pushing medical research forward also entailed a
more collective understanding that was directed towards other affected individuals, and
towards patients affected in the future. A respondent explained why it was important to
take part, despite the uncertainties that came with participation as a research subject:

I want do to everything. Partly for selfish reasons, I can help my family, and partly
because I want to do something for all of those that are affected. If s about today and
the future.

Another individual likewise discussed participation in terms of something that would
help future generations.

We do this for our children and grandchildren. We do it for the future!

The respondents said that participating in medical research was a way to enhance the
individual capability to tackle the devastating effects of the disease, but also to take re-
sponsibility to stop the disease from affecting further generations, as formulated by an
HD-affected individual with children:

1 think that all research is good, would love to be part of such a study in order to help
others, for example my children.

The idea of having opportunities as well responsibilities to act in relation to the dis-
ease was evident when the affected individuals in the focus groups talked about partici-

pation as a way to put an end to the disease.

3.2. Views of Participants’ Influence in Medical Research about HD
3.2.1. To Have a Voice and Get Respect
The participants in our study agreed on the importance of having influence over the

research. There was no common definition of the concept of influence or what it would
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mean. However, a recurring theme was that influence meant having “a voice and some-
thing to say” and being respected as an individual. One of the participants in our study
expressed it like this:

I want to have influence on the treatment, but above all get respect and to be listened
to as a patient in terms of medication and treatment.

Several of the participants complained about a lack of patient influence, and some of
them considered themselves to have been disrespectfully treated by the health care. A
middle-aged man said:

My now quite adult daughter got a lot of medications, but she didnr’t feel good at all
from the drugs she received. She would have needed more than sedatives and such
stuff... if's all for her anxiety for the disease. I know that her problem was and is her
anxiety about being hit by HD... just as it was for me [the father]. But no one listened
to her... she was a minor then, and so she had nothing to say. And we didn’t know.

Other participants argued that in order to make demands, to have something to say,
it was necessary to have access to knowledge, for example by having insight into their
own medical records. Therefore, they urged the need for transparency and the impor-
tance of getting detailed and correct information from doctors.

For me patient influence means that it is important to be informed about treatment
options and about the contents of my medical records. And, that you can turn to an
ombudsman about becoming mistreated.

Some participants in our study stated that they should have opportunities to influ-
ence what medical research would be conducted in Sweden. They also pointed out the
importance of patient organisations as driving forces.

It goes without saying that one should have influence as a patient, and I really want
to have more influence on what is going on in HD research. Therefore, it is important
to be connected to a patient organisation that can influence the attitudes of society to
alleviate the stigma surrounding HD.

Particularly important to influence, they pointed out, was that the Swedish govern-
ment not only supported research on common diseases represented by strong patient
associations, but also rare diseases such as HD.

I would like to influence, in order to get a good treatment with many treatment op-
tions. I would like to fund more research, for example, with taxes [...] Cancer research
gets lots of grants-we want HD scientists to get the money to develop the research. But

we who suffer from HD are not so many.

3.2.2. Individuals’ Experiences Are Essential for the Information Process
Prior to Participation in an Experimental Clinical Trail

Even though a recurring theme among respondents was that they should have oppor-
tunities to exert influence, for example through their patient organisation, they agreed
that strict medical issues and decisions were not relevant to them since “going in and
turning off something, or changing a gene and so on, I feel that it sort of is not my
area’.

None of them considered that they had the kind of expertise that would legitimate
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them to interfere with medical issues. Instead, they wanted to contribute with personal
experience of being HD-affected and share this “unique and individual-based knowl-
edge” with researchers who design clinical trials. They argued that their own lived ex-
perience as HD-affected was valuable knowledge for the researchers. Medical researcher
would need such knowledge to understand what potential research subjects should be
informed about and Aowto disseminate the information.

We can help with certain aspects. In some way... our expertise is [unique]... you
know.

The participants in our study made clear the importance of and need for information
about what it meant to take part in a clinical experiment. In general, it was obvious that
a written document was not viewed as adequate for the purpose of receiving informa-
tion about medical research and experiments. Some participants considered written in-
formation, which is part of the process of signing informed consent and which must
precede all clinical trials, as something that complicated the understanding of what the
project involved. The signing of a document was thus not viewed as particularly im-
portant, but rather something they wanted to get over with quickly. Some participants
viewed the document as a formal and meaningless routine. This aspect of the informed
consent as a mere formality was expressed like this:

It's more or less a formal procedure, yes, and nothing that has any great implication
for me. But I do think that it could take on greater importance if the consent form con-
veyed a more positive experience about the participation.

The respondent did not specify the nature of such a “positive experience” or how it
could be practised or realised. Some of them also indicated that the information would
show both positive and negative sides, to avoid “persuasion or indirect promises” to
participate. Yet ideas were expressed by several, as well as called for a close and open
dialogue between potential research subjects, medical doctors and scientists. The aim of
the dialogues should be to give information adapted to individual requirements and
make it possible for potential participants to pose questions. The participants in our
study also felt that it would be possible for them, through dialogue, to express their
views and opinions and thus achieve an influence. The dialogue was described as a re-
ciprocal communication through which the affected individuals wished to establish a
trusting relationship with the researchers. Another purpose of such a dialogue was to
make them comfortable enough to change their mind at any time during their partici-
pation and leave the project. A discussion between some of the participants went as
follows:

P3: If s what was said before, what I think is very important, and this is on an indi-
vidual basis, of course. Maybe there are people who dorn’t want this, you know. I want
to have the feeling that I m safe, and when it comes to clinical trials, that they [medical
researchers] show their cards, that they say like “this is how much we have done, and
these are the results that we have’, so that I can take an individual decision, you know.

PA: [ feel thaf s intrinsic to the trust [for the scientists]:

P5: Absolutely, absolutely
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P3: As said before, you really must hope that they really... as said, show their cards,
so that everyone can see and understand...

Participants in our study considered that the overall objective of a dialogue would be
to provide opportunities for them to make informed decisions about participation as a
research subject in clinical trials. What form this kind of dialogue could take was also
discussed among them. Some advocated a mix of group discussions and individual
conversations between patients and researchers. The main rationale for attending
group discussions was considered to be the prospect of an extended contact with the
researchers and an expectation that this environment would provide opportunities for
discussion about what was going to happen in the medical project. Other participants
pointed out the need to reflect on and to discuss participation in experimental trials,
not with doctors and researchers only, but with other affected individuals. Some par-
ticipants requested such discussions to serve as psychological ventilation where people
in the same situation could inspire and support each other.

1t would be very useful to have a discussion, like we have right now;, in this group,
before you participate [in clinical trials]. Because then you have gained additional ex-
perience and knowledge, I think. What do others think or do I have a different opinion
and so on.

The request for information and a dialogue with fellow patients and with medical
HD experts was seen as important for both giving and receiving information. In such a
reciprocal process, they would be able to exert influence, as it was described rather
vaguely-not on the experimental study itself, but regarding how information about the

experiment would be conveyed to research subjects.

4. Discussion

The present study aims at exploring HD-affected individuals’ perceptions of what it
means to participate in experimental clinical trials that had not previously been tested
on humans, as well as their thoughts about the possibilities of exerting influence in
medical research. For this purpose, we used focus group discussions and questionnaires
by mail with HD-affected individuals.

1) The results revealed that the majority were in favour of participation. This positive
attitude, and the trust expressed by several of the participants in medical research, is
consistent with other findings regarding how seriously ill individuals relate to unproven
treatments [17]. Previous studies, including the attitude of Parkinson’s and MS patients
to clinical experiments, found a willingness to seek out new treatments but also doubt
because of potential risks [18] [19]. It is worth noting that the participants in our cur-
rent study did not describe the clinical experiments in terms of risk but as opportuni-
ties, as a chance. HD is genetically inherited with a 50% risk of being affected, and those
carrying the mutated gene are confronted with a neurological degenerative disease that
not only breaks down the body, but also affects them with major personality changes.
The willingness of the HD-affected people to participate should be seen in the light of

this highly problematic medical and social situation that is already characterised by ex-
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tensive risks [20]-[22]. The results show, further, that the positive views on participa-
tion did not primarily emanate from ideas about patient rights, as discussed by scholars
examining participation in terms of democratic implications and as a way to counteract
the dominance of experts [9] [23]-[25]. Although we asked questions about patient
rights, the participants in our study did not stress these democratic aspects, but instead
spoke of participation as a way to cope with a difficult and precarious situation. The
way that HD-affected people seek different strategies to cope with a difficult situation is
also documented [22]. An interview study found a variety of coping strategies ex-
pressed by HD-affected individuals [22]. The strategies included seeking information,
seeking possible solutions such as changing diet and attempts to regulate emotions.
Previous research on psychological well-being among Huntington patients shows a
linkage between coping and psychological well-being [7].

Thus, besides being a last resort to find a cure, being part of an experimental clinical
trial is a way to take action, ie. a strategy to counteract feelings of being passive and
helpless, as well as to achieve a sense of empowerment. It should be emphasised that
precisely the certainty that HD-affected people experience are, as they put it, “doomed”
to destruction appears to give them a willingness to help others. Thus, the sense of be-
ing empowered includes not only the individuals who are affected by the disease, but
also future generations. Participation in medical research in order to find effective
treatments seems to bear hope also for future generations of individuals who are at risk
of inheriting the mutated gene.

2) The thematic analysis showed that several of the participants in the present study
desired not only to participate, but also to have influence on HD research. The results
are interesting in relation to earlier and contemporary discussions in socio-cultural
studies and psychological investigations. Biomedical research has for a fairly long time
interacted with laypeople. This interaction is particularly common among researchers
and patient organisations [15] [17] [26]-[28]. A crucial factor for the commitment ex-
erted by various patient organisations is their awareness and knowledge of medical
conditions. In some cases upstream involvement may have an impact in not only con-
veying affected individuals’ experiences, but also for the content and design of research
projects [29]-[31]. Further, situations may arise where patient organisations or indi-
vidual patients can influence the early phases of the research process. This is clearly
observable in HD research. Commitment from affected individuals was essential to
gather and initiate research that could locate the mutated gene that causes the disease.
Today HD patient organisations have a key role in the funding of research on the dis-
ease [31]. Our findings are consistent with such observations regarding the perception
of patient organisations as a driving force [1] [32]. The respondents in our study sug-
gested that the patient organisations are key players in calling for more research on HD
to be funded by taxes. It is noteworthy, however, that the majority of the comments in
our study regarding the importance of influence did not primarily concern the patient
organisations having possibilities to direct the HD research. Instead they emphasised

the need for information and that their own experience would be respected as a basis
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for designing information about the clinical trials. There was a clear desire to influence
the process of information given to the participants before participation in an experi-
mental clinical trial, through a mutual exchange of information, Ze. a dialogue with the
medical researchers. Such a reciprocal process was seen as a way for potential research
subjects to reach an individual and independent decision about participation.

The results can provide information for medical researchers on how to communicate
with patients when taking part in clinical experiments. The study suggests that it is im-
portant to take into account potential research subjects’ needs for influence on how in-
formation about the experiments can be conveyed. The study may thus provide valu-
able information to researchers regarding designing applications for the ethical review
boards. The study further highlights the importance of recognising HD-affected indi-
viduals and other groups with severe diseases as especially vulnerable when designing
applications for ethical vetting. One reason is their tendencies to express a will to par-
ticipate as a way to cope with a difficult and precarious situation. We therefore suggest
that the sections about people who temporarily or permanently are not capable of per-
sonally giving their informed consent also include HD-affected and other groups with

severe diseases.*

4.1. Limitations and Future Research

Some limitations of the present study should be mentioned. In focus groups time can
be lost since group discussions can be difficult to control. Irrelevant topics can be
dwelled upon for too long. Respondents can feel peer pressure to give the same answers
as other participants. Responses can also be affected by the moderator’s skill in phras-
ing questions.

The study consists of few participants, which is due to the number of HD patients in
Sweden. Since the study is only carried out in Sweden the results cannot be generalised
to other countries. Thus, more studies need to be implemented in other national con-

texts as well.

4.2. Conclusion

In the present study, the aim was to investigate the viewpoints of HD-affected regard-
ing participation and exerting influence in taking part in experimental medical studies.
Thematic analysis showed three main themes expressing reasons for participation: par-
ticipation as a last resort, as an activity of hope, and as a way to take responsibility for
the development of a cure that will benefit future generations. Responses relating to the
question about affected individuals’ view of exerting influence resulted in two themes.
The first theme was having a voice when researchers design experiments, which may
give a sense of receiving respect. The second was that influence is an essential part of

the information process before agreeing to take part in an experimental trail. The re-

“See for example current Swedish application form for ethical vetting. The application form is updated (ac-
cording to VRFS 2012:1) and valid from 27 March 2012. http://www.epn.se/en/start/ (accessed 11 August
2016) 3:1 How are participants in the research chosen.
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sults can provide information for medical researchers on how to communicate with pa-
tients when taking part in clinical experiments. Based on the findings of this study, fu-

ture research should consider conducting studies in other countries.
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