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ABSTRACT

Temporomandibular disorders (TMD) can have multiple
etiologies, including oromandibular dystonia (OMD). However, in a
few cases, the OMD can evolve from cervical dystonia (CD),
leading to severe bone degeneration.

The purpose of this case report of a 64-year-old woman
presenting to the Outpatient Neurology Clinic of the Federal
University of Bahia is to illustrate the development of oromandibular
dystonia with temporomandibular joint (TMJ) dysfunction after 10
years of cervical dystonia. Clinical examination showed bone
degeneration of the mandibular ramus and right TMJ click, a
prevalent sound in patients with temporomandibular disorders when
they open their mouths or chew. After onabotulinum toxin type A
injections in the right lateral pterygoid muscle, the patient improved
in swallowing and pain.

This case highlights the importance of close follow-up of
cervical dystonia patients to identify new dystonic muscles. In our
patient, lateral pterygoid muscle involvement was followed by
several comorbidities, such as dysphagia and jawbone
abnormalities.
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RESUMO

Os distirbios temporomandibulares (DTM) podem ter
multiplas etiologias, incluindo a distonia oromandibular (DO). No
entanto, em raros casos, a DO pode evoluir a partir da distonia
cervical (DC) e raramente pode levar a degeneragao 6ssea.

O objetivo deste relato de caso de uma mulher de 64
anos atendida no Ambulatério de Neurologia da Universidade
Federal da Bahia é ilustrar o desenvolvimento de distonia
oromandibular com disfungdo da articulagcdo temporomandibular
(ATM) apos 10 anos de distonia cervical. O exame clinico mostrou
degeneracédo 6ssea do ramo mandibular e clique na ATM direita,
um som prevalente em pacientes com distdrbios
temporomandibulares quando abrem a boca ou mastigam. Apds
injecdes de toxina botulinica tipo A no musculo pterigoideo lateral
direito, a paciente apresentou melhora na degluticéo e na dor.

Este caso destaca a importancia do acompanhamento
préximo de pacientes com distonia cervical para identificar novos
musculos distonicos. Em nossa paciente, o envolvimento do
musculo pterigoide lateral foi seguido por varias comorbidades,
como disfagia e anormalidades dsseas da mandibula.

Palavras-chave: BoNT-A, onabotulinum toxin-A, DTM, disturbios
temporomandibulares, degeneracgédo da articulacéo
temporomandibular, ATM, articulagdo temporomandibular, distonia
oromandibular.
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INTRODUCTION

Temporomandibular disorders (TMD) are a
musculoskeletal group of conditions secondary to a variety
of etiologies related to dysfunction of the masticatory
muscles and/or temporomandibular joints (TMJ)'. Many
diseases are associated with TMDs, and the symptoms are
usually associated with mispositioning of the TMJ disc or
systemic or muscle diseases. TM] click is a prevalent sound
in patients with the temporomandibular disorder when they
open their mouths or chew. Oromandibular dystonia is a
rare involuntary movement disorder characterized by
repetitive or continuous contraction of the masticatory,
tongue, or facial muscles, mainly manifested by eye
blinking, jaw closing, jaw opening, jaw deviation, or a
combination of these2 The treatment of choice for OMD is
botulinum neurotoxin (BoNT) injections in the affected
muscles to alleviate pain and reduce the deviation of the
mandible3. This paper describes a case of painful
subluxation of TM) and its evolution.

CASE PRESENTATION

This paper was approved by the Ethics and
Research Committee of Federal University Hospital of
Bahia/Brazil, under number 68984823.4.0000.0049.

A 64-year-old woman was referred to the
neurologic clinic of the Federal University of Bahia in 2010
with cervical pain and mild torticollis and laterocollis to the
right side. According to the patient, this condition had been
present for at least two years and was increased with stress.
The patient gave a history of asthma with irregular use of
beclomethasone. No previous treatment to dizziness,
neurological or psychiatry disorders and she denied chronic
use of other medications.

On examination she showed mandibular lateral
deviation associated with condyle subluxation during mouth
opening. Since then, chemical block with onabotulinum
toxin-A was performed each 5 to 6 months in the left ECM
and middle and posterior scalenus muscles with
improvement of pain and muscle contraction. In December
2021, after 14 months with no medical consultation, she
returned and complained of progressive difficulty to

®. B

Figure 2. A. Before BoNT-A. B. After 30 days of BONT-A. C. After 4 months of BoNT-A.
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swallow, adopting flexed posture of head to feed only
semiliquid food. Her neurological examination showed
anterocollis with mild torticollis and head inclination to right,
as well as maintained opened mouth. No other neurological
problem. When asked to eat a cookie she showed
sialorrhea, pain in the temporal region of head, click sound
and dislocation in the right temporomandibular joint (TMJ).
CT-Scan of her TM] showed bone sclerosis of the right
mandibular ramus associated with thin joint space and
flattening of articular surfaces (Figure 1). BoNT-A injection
was performed in her middle and posterior scalenus and
both ECM as well as right lateral pterygoid muscle under
guided EMG. One week later she reported improvement of
pain and she could close her mouth, speak and she began
to eat regular diet (Figure 2). She is now under

multidisciplinary rehabilitation with special care to improve
swallow and TMJ protection.

Opened mouth - left side

Figure 1. Computerized tomography of temporomandibular joints. A and € shows normal
temporomandibular joints. B. White arrow indicating sclerosis and degeneration of right
condyles and mandibular ramus. D. White arrow showing the lack of condyle translation
during opened mouth. B and D shows degeneration and narrowing of the right
mandibular fossa.
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DISCUSSION

Oromandibular  dystonia associated to
TM]J subluxation is one of the most troublesome issue to
health professionals, requiring multidisciplinary approach
to conduct the case. In this report a previous history of
periodic cervical injection of BoNT-A to treat cervical
dystonia was interrupted after the beginning of
coronavirus pandemic, and when the patient returned to
neurological evaluation, she also had oromandibular
dystonia, mandibular subluxation and bone degeneration.
The first problem to be discussed is the pattern changing of
dystonia with recruiting of the right lateral pterygoid
muscle after approximately 10 years. In a previous report,
Minchauet et al. observed that 9 from 17 patients with
cervical dystonia presented different cervical muscles
activation pattern after EMG and video recording4. As has
been observed, neck muscle activation patterns can
spontaneously change in CD patients, implying an inherent
variability of the underlying central motor program in some
dystonic patients. Probably BoNT-A help to interfere in the
CNS programming of the movement, interfering in the
proprioceptive activity of the spindle muscles®. In this
paper, our patient had a facial muscle involvement after 10
years of only cervical dystonia, which, as far as we concern,
has not been described previously. Another point to
discuss is the bone degeneration associated to the
subluxation affecting the right mandibular ramus and
mandibular fossa. The observed sclerosis is probably
related to continuous attrition of the right mandibular
ramus resulting to deformity of the TMJ complex. If no
treatment was undertaken, our patient would continuously
modify the bone microarchitecture which consequently
would increase the bone fragility and risk of fractures. It
has to be noted that her age is a risk factor to osteoporosis
which increases the probability of fractures. In addition,
recurrent dislocation can damage joint capsule and
ligaments as well as compromise the external meatus
acoustic resulting in listening problems. The closer
proximity between the TM] disk and the mandibular nerve
could be one of the causes of neuropathic pain in these
patients®. In our case, after BoNT-A injection there was
improvement of pain and swallowing and the patient is
now under multi-disciplinary rehabilitation to prevent
recurrent dislocation and additional problems.

CONCLUSION

The possibility of OMD should be considered in
patients diagnosed with cervical dystonia who evolve with
oromandibular pain, dysphagia, or speech difficulty. In our
case, the diagnosis was delayed due to the COVID
pandemic. Healthcare professionals should closely monitor
OMD patients to avoid TMJ degeneration, which can lead to
other comorbidities, increasing costs, and suffering.
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