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ABSTRACT

Background: The role of patients in healthcare research is slowly evolving, although patient roles in the research process are
limited. This paper reports on a patient-led research project aiming to develop a musical hearing training programme for
patients with a cochlear implant (CI): the Musi-CI programme. A CI is an inner ear prosthesis that allows people with severe
hearing loss to hear. However, while speech can be understood, CI users cannot fully enjoy music or feel aversion to it. The
Musi-CI programme aims to reduce this music aversion to ultimately improve music enjoyment and social participation. The
development of the Musi-CI programme was supported by a consortium of professionals in CI rehabilitation and research.
The aim of this paper is to describe and evaluate the Musi-CI programme development process and its impact on professional CI
rehabilitation and research.

Methods: Programme development was described using a 3-layered process model of action research, distinguishing the CI
user process, the healthcare professional process and the research process. To evaluate perceptions on the programme
development process, consortium partners provided written comments and participated in a reflexive evaluation session that
was video-recorded. Reflexive evaluation aims for collective learning and strengthening collaboration among participants.
Written comments and video data were analysed using template analysis.

Results: The involvement of an expert by experience was perceived as challenging but rewarding for all consortium partners,
opening up new perspectives on CI-rehabilitation practice and research. Data analysis revealed two themes on the programme
development process, professional space and acknowledgement, and two themes on the outcomes on CI rehabilitation and
research: critical reflection and paradigm shift.

Conclusion: Experts by experience represent a different knowledge domain that may contribute to change in rehabilitation and
research.

Abbreviations: CI, cochlear implant; PAR, participatory action research.
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Patient or Public Contribution: The development of the programme was initiated by a professional musician and CI user

who organized the funding, had a leading role throughout the research process, including the write-up of the results, and co-

authored this paper.

1 | Introduction

Since the introduction of patient-centred care, patients are
increasingly involved in clinical decision-making, quality
improvement, training design, policy development and research
[1]. For many years, the development and evaluation of
healthcare services were dominated by healthcare professionals
and researchers, missing the unique perspective of patients and
hindering the implementation of research findings in the clinic
[2]. More inclusive research approaches, allowing for ‘the
patient voice’ in the research process, may contribute to quality
improvement in clinical practice [3].

Granting patients an active role in research is not self-evident.
Patients may have rich experiential knowledge, but their voice
is not automatically considered as a valid source of information
from the perspective of health professionals and researchers [4].
Patients may not be identified as credible experts, and health
professionals and researchers may unconsciously hold on to
traditional knowledge hierarchies [5, 6]. Patient (experiential)
knowledge is personal, often implicit and context-bound. Expert
knowledge is considered more objective and generalizable and
therefore assumed to be less biased [7].

Patient involvement in the health research process has
modestly evolved over the past decade [8], but patient roles in
research are limited. A scoping review of McCarron et al.
showed that the most common role for patient partners was a
member of the research team or advisory group [9]. A new step
in patient involvement is patient-led research, in which patients
actually lead the research project and collaborate with
healthcare professionals, researchers and other stakeholders,
often forming partnerships to address issues that directly affect
their lives [10]. In conventional medical research, researchers
decide what outcomes matter. In patient-led research, patients
decide what outcomes matter, and these outcomes may differ
from conventional research outcomes [7]. Patient-led research
is relatively new, and reports on the process and outcomes are
limited to specific conditions such as dementia, diabetes,
arthritis, ALS and Covid-19 [10-15].

In this paper, we report on the evaluation of an innovative
patient-led research project aiming to develop a musical hearing
training programme for patients with a CI: the Musi-CI
programme. A CI is an inner ear prosthesis that allows people
with severe hearing loss to hear. However, while speech can be
understood, CI users cannot fully enjoy music or feel aversion
to it. Despite research showing that 90% of CI users would like
to have music rehabilitation after cochlear implantation [16], it
is still not integrated into standard CI rehabilitation. In
addition, there is accumulating evidence that CI users may
benefit from the cross-modal plasticity of the brain and
multisensory integration when training musical abilities [17].
Clinicians, however, are hesitant in promises regarding music

perception with CI due to the neuroprosthetic nature of the CI
affecting music pitch, timbre and dynamics perception. This
paper shows how patient-led research may contribute to change
in standard rehabilitation practice and research.

The innovative character of this study is twofold: [1] the Musi-
CI programme aims to enhance music enjoyment and societal
participation, while regular CI rehabilitation aims for under-
standing speech, recognition of environmental sounds and
communication [2]; a CI user (former patient) initiates the
research, organizes the funding and has a leading role in the
collaboration between CI users, CI rehabilitation therapists and
researchers.

The aim of this paper is to describe and evaluate the
development process of the Musi-CI programme and the impact
of user involvement on professional CI rehabilitation and
research. We introduce this paper with the following case.

2 | The Case

J.V. is a musician and music teacher who gradually became
deaf. In the next section, J.V. shares her experiences.

“I received a CI in 2013. Being motivated by my desire to
resume my professional activities, I trained myself in
listening to music with the CI'. When I visited my medical
CI specialist, he emphasized that hearing music with CI
was impossible. Avoiding overly high performance
expectations is common practice in CI rehabilitation as
pre-operative expectations may affect patient outcomes
[13]. Despite this discouragement, I did not lower my
ambitions. I continued deliberate practice and in
addition, I completed a master's degree on music to have
a better understanding of how music is processed in the
brain. After comprehensive self-training, 1 gradually
rediscovered the pleasure of listening to music and
resumed my teaching activities. During my latest visit to
my CI specialist, I shared my ability to play the piano
again and my improved musical enjoyment. However, my
doctor did not seem convinced and assured me that
learning a new piece would be beyond my capadbilities.
Nevertheless, I started studying a new piece: Beethoven's
3™ piano trio, the next day.”

J.V. passionately wished to share her musical experiences for
the benefit of other CI users. Strengthened by her belief that CI
users wish for and deserve a more comprehensive CI rehabili-
tation, including music perception, she developed a musical
listening training programme for CI users based on her
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experiences as a professional piano teacher and personal
experiences as a CI user. This programme aimed to enhance
music enjoyment and social participation of CI users. She
approached university medical centres in the Netherlands for
research on her training programme. Although some CI
rehabilitation specialists and researchers were impressed by
the demonstrated musical abilities of J.V. and supportive of the
idea to integrate music into regular CI rehabilitation, they did
not decide to put the topic on the research agenda of their
institutes. Finally, J.V. searched for funding herself.

J.V. founded the Musi-CI foundation and brought together a
team of different healthcare disciplines involved with CI
rehabilitation from two academic hospitals, the Musi-CI
consortium (n=7), to support her. From the first hospital:
C.B. (speech and language pathologist), W.H. (speech and
language scientist), from the second hospital: A.G. (speech and
language pathologist), H.V. (CI and hearing scientist), A.H.
(medical physics expert audiology and scientist) and the Musi-
CI foundation. M.M., the first author of this paper (allied health
and education scientist), designed and navigated the research
project as an action researcher. All consortium partners
volunteered to participate, and shared their love for music
and their willingness to explore new pathways in CI rehabilita-
tion. J.V. applied for a grant of the funding programme ‘ZonMw
Voor Elkaar’ supported by the consortium. The aim of this call
for grants was to finance projects of organizations whose core
task is to defend the interests of people with a chronic illness
and support the use of experiential knowledge and expertise.
Lay persons are allowed to apply for this grant. In July 2019, the
Musi-CI foundation received a grant for the development and
evaluation of a musical hearing training programme. The
consortium can be considered as a result-accountable team that
worked on behalf of the Musi-CI foundation. A participatory
action research (PAR) approach was chosen to develop and
evaluate the Musi-CI programme and to write a handbook for
Cl-rehabilitation professionals involving all consortium part-
ners and CI users (training participants) as programme
developers. PAR is a collaborative approach to research that
involves active participation from both researchers and the

Leading actors

Process

individuals or communities directly affected by the research
topic. PAR emphasizes a cyclical process of (1) Plan, (2) Act, (3)
Observe and (4) Reflect with the goal of empowering
participants to drive positive changes in healthcare practices
and policies [3]. The PAR approach was new to the consortium
partners. J.V. was educated by M.M. in the PAR methodology.

3 | The Musi-CI Programme Development
Process

The consortium developed the Musi-CI programme in three
PAR cycles of plan, act, observe and reflect in close collabora-
tion with CI users. The first cycle started in autumn 2019 and
the third cycle was finished in fall 2020. To describe and
evaluate how the consortium collaborated to stepwise improve
the Musi-CI programme, we used a 3-layered process model of
action research (Figure 1) that distinguishes the CI research
process, the CI professional rehabilitation process and the CI
user process [18]. The black line between the layers presents the
movements of J.V., showing that she was involved in all layers
of the programme development process in different roles: CI
user and expert by experience, professional music teacher and
researcher. J.V. was empowered by M.M. to take up the
researcher role.

3.1 | The Research Process

The upper layer in Figure 1 shows the research process exploring
the key elements of the training programme and the underlying
programme theory, resulting in a theoretical framework (scientific
knowledge). First, a draft training programme was designed based
on the experiences of J.V. Additionally, a preliminary programme
theory was developed by exploring the implicit and explicit
assumptions of J.V. as a music teacher and CI user [19, 20]. J.V.
was challenged by M.M. to step out of her ‘patient’ role and to take
on a helicopter perspective on her experiences as a CI user. Her
‘lived” knowledge as a CI user and professional knowledge as a
musician were explored by critically questioning J.V. about what

Intended outcomes

MU
Researchers Cl Research process Key elements of the

training

Scientific Knowledge
MU

Program handbook
Researchers
MU Cl User process ) o

> Musi-Cl Training
Researchers Experiential knowledge
Cl users
FIGURE 1 | Three processes in action research, according to Schuiling and Kiewiet [18].
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works, why and under what circumstances. This knowledge was
compared to the existing literature on adult learning and CI
rehabilitation. A draft theoretical framework and a draft profes-
sional framework were developed containing the first key elements
of the Musi-CI programme. These frameworks were stepwise
improved and refined according to the input of CI users, CI
rehabilitation therapists and researchers.

3.2 | The Professional Process

The second layer in Figure 1 shows the professional develop-
ment process aiming for the development of a handbook
available for CI rehabilitation therapists who intend to integrate
music into CI rehabilitation. Observations of training sessions
by CI rehabilitation therapists (notes) were discussed and
compared to their professional knowledge and the knowledge of
J.V. Results were used to inform the research process and to
stepwise develop a handbook for professionals.

3.3 | The CI User Process

The bottom layer represents the experiences of CI users with
the Musi-CI programme that ultimately resulted in improved
music enjoyment and social participation. J.V. challenged CI
users to engage with music, helping them to discover new ways
of listening by using her unique experiential and professional
knowledge. Experiences of participants were evaluated on ‘what
works and what does not’, and results were used to inform the
professional and research process and to stepwise improve the
programme.

The consortium wrote a report for the funding organization and
a scientific paper on the Musi-CI programme that was
published in 2023, showing promising results [21]. The research
project was awarded by the funding organization ZonMw in
May 2022 for its impact on the field [22].

4 | Reflexive Evaluation of the Programme
Development Process and Its Impact on
Professional CI Rehabilitation and Research

When the project was finalized and the results were published,
all consortium partners (including J.V.) reflected on the
programme development process and the perceived impact of
this research project on CI rehabilitation and research.

5 | Methods

Reflexive evaluation is part of the PAR methodology aiming for
collective learning and strengthening collaboration among
participants. The evaluation involves both looking back and
forward to inform future research projects. Evaluator and
evaluatees come together for collective evaluation, interpreta-
tion of the findings and to identify areas for potential change
[3, 23].

5.1 | Data Sampling

During biweekly online consortium meetings, the evaluation
plan was introduced by M.M. All consortium partners
consented to participate. They responded individually in
writing—to avoid mutual influencing—to an open question
sent by email by M.M.: ‘Would you please describe your
experiences with this research project and the impact on CI
rehabilitation practice and research? Subsequently, an online
1.5h video session was conducted and facilitated by A.H., an
experienced discussion leader. A.H. invited each participant to
share their written comments with the group and to respond to
probing questions. Subsequently, A.H. invited the group for a
rapid evaluation data analysis to identify the main topics of the
evaluation results.

5.2 | Data Analysis

An in-depth analysis was conducted by M.M. and an external
researcher who was not a member of the consortium GJ.S. to
enhance the reflexivity and trustworthiness of the findings.
Written comments and video data were triangulated and
entered by M.M. into Atlas.ti qualitative analysis software
(https://atlasti.com/what-s-new-in-atlas-ti-23ef) and coded
using Template Analyses guidelines allowing a priori codes
(prior identified key topics by the consortium) and emerging
codes from the written and video data sources [24]. Coded video
data were transcribed verbatim. By iteratively comparing and
discussing codes, comparing codes to the existing literature and
merging codes into categories, overarching themes were
identified and described. A member-checking procedure was
conducted by sharing the data analysis report with all
consortium partners and modifying the results according to
their feedback. They all agreed to this publication. We adhered
to COREQ consolidated criteria for reporting qualitative
research [25].

6 | Results

All invited consortium partners (n=6) returned their written
responses via email to M.M. The number of words varied from
212 to 420. They all participated in the evaluation session.

The analysis of the data unveiled two themes on the programme
development process: professional space and acknowledge-
ment, and two themes on the impact of CI user involvement on
CI rehabilitation and research: critical reflection and paradigm
shift. In the next section, themes are described and illustrated
by quotes stemming from written data or video data.

6.1 | Perceptions of the Programme Development
Process

Although the consortium was effective in achieving its intended
outcomes, as published earlier [21], the programme develop-
ment process was at times perceived as tense. Participants
provided critical but constructive comments on the programme
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development process to learn from each other and strengthen
collaboration for the planned future projects involving J.V.

6.1.1 | Confusion About Professional Space

Despite the unique knowledge of J.V. as an expert by experience,
a professional musician and a self-educated trainer of the Musi-
CI programme, she was not a healthcare professional or
researcher. She belonged to the consortium but not to the
rehabilitation teams within the academic setting. Except for her
experiential knowledge, J.V. did not feel fully accepted as a
sparring partner among CI professionals and researchers.

JV Yes, I have noticed that it is a long way for an
outsider, what is my role, how much [professional] space
do I get, sometimes I get the feeling that I am being put
back in the box of the expert by experience, while I feel like
a professional as well, but don't always feel seen that way.

(written comment)

Although the aim of the Musi-CI project was clearly defined,
boundaries of professional expertise were not set and expecta-
tions of professional activities were not discussed in advance.
The purposes of clinical CI rehabilitation (learning to recognize
environmental sounds and to understand speech and commu-
nicate) and Musi CI rehabilitation (learning to listen and enjoy
music) became intertwined. Crossing professional domains
caused confusion within the consortium about the true aim of
the Musi-CI programme and the opportunity to address this
issue was missed.

AG (therapist). I think that in this project we should only
focus on music listening and music enjoyment and not
understanding of speech, because I think this is the
territory of the speech and language therapists, perhaps
even the territory of the entire professional CI rehabilita-
tion team. I really want to advocate that there should be
no overlap with the things we do in regular CI-
rehabilitation and in the Musi-CI project.

(video comment)

JV It came to my attention that my presence as a patient-
professional and patient-researcher might have been
perceived as threatening [to CI rehabilitation therapists]
....we somehow didn't succeed in openly discussing this
issue |[....].

(video comment)

6.1.2 | Little Acknowledgement

All consortium partners were involved in providing input and
feedback on the Musi-CI programme and the Musi-CI hand-
book. However, different perspectives on the added value of the
music-CI training for Cl-rehabilitation were not explicitly
addressed during the project, and consortium partners did not

all feel sufficiently acknowledged for their expertise and
innovative ideas.

CB (therapist). I noticed that... I had a lot of ideas [to
improve the program], but I wondered where my ideas
had gone... and where my name would end up. I would
appreciate my input being acknowledged.

(video comment)

6.2 | Perceptions of the Programme Development
Outcomes

Despite the challenges in the collaborative process, or perhaps
because of those challenges, the research project has yielded
interesting results for all stakeholders in CI rehabilitation. All
consortium partners were open to new perspectives on CI
rehabilitation and demonstrated a willingness to explore what
was previously considered impossible: enjoying music.

6.2.1 | Trigger for Change

The research project allowed the CI rehabilitation therapist to
observe and discuss the Musi-CI programme as conducted by
J.V. Although the Musi-CI programme was not immediately
embraced by all CI rehabilitation therapists, it triggered
reflection on daily CI rehabilitation and opened doors for
innovation inside and outside the context of academic hospitals.

AG (therapist): ‘If you always do what you've always
done, you always get what you've always got. In my
training as a speech and language therapist I learned
that reflection is crucial...”. ‘I could not imagine it would
be possible for so many CI users to enjoy music again. I
thought the training might only work for MU because she
is a top performer with regard to speech perception and
as a musician. Since I have seen it work for many CI
users, I have made a significant shift in my judgement’.

(written comment)

WH (researcher): The Musi-CI project has contributed to
awareness of rehabilitation therapists and CI users as
well as care managers regarding the added value of
music for CI users. Applying the practical knowledge
developed during this project was useful for both clinical
practice and research.

(video comment)

CI rehabilitation therapists were motivated to bring music into
their regular CI rehabilitation practice, building on the findings
of this research project. J.V. and the participating CI profes-
sionals could be considered game changers in this respect.

CB (therapist) Thanks to JV..., we have taken up music
again. In the past, we tried to put flesh on the bones of
music within CI rehabilitation. We knew from patient
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evaluations that there was a demand, but we did not feel
that our way of working contributed to the improvement
of the music experience. Because JV, as an expert by
experience, emphasized the importance of music for CI
users, we started to take up the topic again.

(written comment)

6.2.2 | Paradigm Shift

The researchers involved were inspired to expand their field of
research: from knowledge grounded in scientific evidence (the
positivist paradigm) to knowledge constructed from multiple
perspectives (interpretative paradigm) [20]. This shift also
applied to the research methodology and the outcomes used:
from quantitative methods and clinical outcomes to mixed
methods and self-reported outcomes [2, 7].

AH (researcher) I also gained new insights. For example,
JV told us [.] that we as CI specialists, we are primarily
focused on auditory performance(s) such as ‘recognizing’
melodies or musical instruments. She taught us that, for
patients with a CI, we can better focus on ‘exploring’
music. CI users can find out for themselves what music
and what instrumental sounds they like. This can be very
different to what they enjoyed before they were implanted.
In other words, the goal is not to make music sound how
it ought to, because that is usually not feasible. It is about
being able to enjoy music and instruments again in your
own particular way.

(written comment)

HV (researcher) Music is on the bucket list of CI
researchers since I work in this field (twenty years). A
researcher wants to demonstrate an effect of a training,
whatever this effect may be. But we should not be blinded
by it. It is possible that a CI user is happy with a training
that is not evidence-based. When I met participants
during a Musi-CI program session or at an interview I
saw happy faces. Therefore, it is very good that the Musi-
CI project has so far focused on exploring the possibilities
of music to enrich the CI rehabilitation program and that
we were patient regarding the measurement of effect. I
believe that our strength is in building a strong Musi-CI
program that may Yyield larger effects, which are then
easier to measure.

(video comment)

AH What I would like to add to what has been said is
that it has become even clearer to me that the outcome
measures that healthcare professionals and researchers
use can be very different from the outcome measures that
are important to CI users. The fact that an expert by
experience (who in our case is also a professional) took
the lead, ensured that the second type of outcome
measure had top priority [music enjoyment].... It is not

so much about being able to recognize music (the
traditional ‘hard’ outcome measure for effectiveness),
but about being able to enjoy a melody even though it
does not sound like it used to and is not recognizable.
(video comment)

7 | Discussion

The aim of this paper was to describe and evaluate the Musi-CI
programme development process and the impact on CI
rehabilitation and research. Programme development was
described using a 3-layered process model of action research,
distinguishing the CI user process, the healthcare professional
process and the research process. The involvement of an
experienced CI user in all layers of the programme development
process was challenging but key to the positive outcomes.
Interaction with J.V. resulted in changes in the mindsets of CI
rehabilitation therapists and researchers. The role of J.V. can be
viewed as ‘transformative’, as outlined by Greenhalgh in her
blog on patient-led research, which underscores the significance
of addressing outcomes that matter to patients [7]. However,
the results also show that J.V. was insecure in performing the
different roles as explained in the three processes model and
needed the empowerment and guidance of M.M. to take the
lead and to steer the project towards its intended outcomes.

Although music training programmes have been offered to CI
users in the past [26], the innovative strength of this project lies
in its action research approach and the unique knowledge of
J.V., which enabled tailoring the programme to the individual
needs, preferences and capabilities of CI users. J.V., along with
the participating CI users, provided a fresh perspective on CI
rehabilitation, expanding its benefits beyond speech under-
standing to enhancing music appreciation and shifting from
regaining lost capabilities to discovering new capabilities, a shift
that is in line with the principles of positive health [27] and the
values of person-centred care. So far, J.V.'s involvement in
designing a music training programme has been successful in
opening new horizons and instigating positive changes in CI
rehabilitation. However, J.V. cannot be compared to the average
CI user. Her exceptional qualities can be seen as a limitation of
this study regarding the transferability of the findings. However,
the literature demonstrates the necessity of competent patients
to bring about change in routine practice. A scoping review of
Frisch et al. on successful patient involvement in research
resulted in a competency statement for both patients and
researchers [28]. The two critical elements for patients were
‘lived’ experience in the condition being studied and an interest
in participating in research. Patient competencies were related
to research knowledge and skills, cultural competence and
active participation. J.V. was a competent patient.

Looking at the critical competencies of researchers, Frisch et al.
mention the skill to identify and discuss areas of potential tension
and resistance within the team. The perceptions of the consortium
partners on the programme development process revealed short-
comings in communication and tensions in the professional
boundaries. The CI rehabilitation therapists accepted J.V. as an
expert by experience but were reluctant in allowing J.V. to interfere
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with their professional domain and rehabilitation goals, causing
frustrations on both sides now and then. These tensions are
well described in the PAR and patient involvement literature
[4, 9, 29, 30]. The literature also shows that establishing a shared
vision about the goals of patient engagement and respective roles is
crucial, and honesty and trust are key to effective patient
involvement in research [31]. We assume that timely reflection on
this issue to appreciate the nature of the tensions and to better
understand what happens in the professional boundary area would
have strengthened the programme development process [32]. We
may conclude that the fourth step in the PAR cycle—plan, act,
observe and reflect—has not received sufficient attention.

Looking at the implications of this study for CI rehabilitation, the
involvement of J.V. has strengthened the need to integrate music
into a standard CI rehabilitation. Given that the inclusion of music
training in hearing rehabilitation after cochlear implantation is a
wish of 90% of CI users [33] and that the rationale of including it
lies in the emerging concepts of cross-modal plasticity and
multisensory integration, it is crucial for clinicians and policy-
makers responsible for facilitating this integration to acknowledge
the significance of music training to improve the social participa-
tion and the quality of life of CI users [16].

8 | Strengths

Since the patient-centred movement, the literature and insights
on patient involvement have grown rapidly. However, guidance
is limited to research projects involving patients in the
researcher role. With this research project, we have started to
bridge a gap in the literature on patient-led research projects.

9 | Limitations

In this research project, we focused on explicating the experiential
and professional knowledge of J.V. to build a training programme
that matches the needs, preferences and abilities of CI users.
However, by focusing on the knowledge of J.V. only, we may have
missed relevant input of CI rehabilitation experts. Although expert
knowledge is assumed to be explicit, it often becomes internalized
by experience. Explicating this expert knowledge might have
contributed to a broader acknowledgement of the existing
expertise within the consortium.

10 | Future Research

To contribute to theory on the programme development of
knowledge in the context of patient-led research and to enhance
the transferability of our findings, future studies describing
comparable cases in different contexts are needed.

11 | Conclusion

In this paper, we reported on the programme development
process and outcomes of a patient-led project aiming to add
value to the lives of CI users. The 3-layered process model on

knowledge creation was helpful to describe the programme
development process and its impact on CI rehabilitation and
research. The results showed that patient expertise represents a
different knowledge domain that may trigger change in clinical
practice and research. However, patient empowerment to take
up new roles and conscious reflection on the programme
development process are needed.
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