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Self-inflicted Tongue Ulceration in a Patient with Tourette Syndrome: A Case Report
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——Abstract

and swallowing food.

Tourette's syndrome is a chronic neuropsychiatric disorder characterized by the presence of vocal and multiple
motor tics. Tics are defined as brief, intermittent, repetitive, unpredictable, purposeless, and stereotyped move—
ments or sounds. Some patients experience physical pain from intense and complex tics. In addition, motor tics
can result in self-injury which is a common feature of Tourette's syndrome. A 9-year-old boy was referred by the
department of neuropsychiatry because of a severe tongue laceration. His parents reported that he had been bit-
ing his tongue irregularly for 2 months before referral and suffered from an intense burning sensation. The re-
peated biting resulted in ulcers on the tongue, which quickly worsened and led to progressive difficulty chewing

We offered to give him a two-piece removable appliance to limit tongue biting: it was made of soft silicone and
fitted to both the maxillary and mandibular arches. As we emphasized that the device could help alleviate his

pain, he agreed to accept it and adapted well. Just 3 weeks later, his tongue lesions had healed significantly.
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[ . Introduction

A tic is characterized by involuntary, sudden, rapid,
recurrent, non-rhythmic, stereotyped motor movements
or vocalizations”. They typically wax and wane, and are
usually preceded by a premonitory urge. Among tic dis-
orders, combined vocal and multiple tic disorder is clas-
sified as Tourette' s syndrome (TS)?. For TS to be diag-
nosed, multiple motor tics and at least one vocal tic
must be present over a period of a year without a break
of more than 3 months.

TS develops during childhood between the ages of 2 to
13 and affects males about three to four times more of-
ten than females”. It can be a chronic disorder with
symptoms lasting a lifetime: however, most patients ex—
perience their worst tic symptoms in their early teens,
with improvement occurring in the late teens and con-
tinuing into adulthood.

More than 85% of patients with TS have common ad-
ditional co-morbidities, which include attention deficit
hyperactivity disorder (ADHD) and obsessive compulsive
disorder (OCD). In addition, self-injurious behavior
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(SIB), resulted from motor tics, is commonly reported in
TS patients and the estimated incidence ranges from
25% to 50%" . Motor tics in oral region, which can cause
pain or injuries, include licking of the mouth or cheek,
biting the lip or cheek, bruxism, and picking of the oral
tissue using the fingernail”.

SIB has been reported in genetic disorders such as
Lesch-Nyhan syndrome, and psychiatric disorders as
mental retardation, schizophrenia, borderline personality
disorder, stereotypic movement disorder, and TS”. SIB
can lead to serious complications including loss of tissue
and infection®®, and 75% of these injuries are located in
the head and neck region”. Many studies about oral SIB
have reported intraoral appliance therapies to prevent
SIB due to biting®'?. If all other treatments have failed
or the trauma by SIB is too severe, teeth extraction can
be considered.

In this report, we present a case of TS with SIB of the
tongue, which rapidly worsened and resulted in wide ul-
ceration of the tongue. We discuss the method of manage-
ment to treat this patient using a removable appliance.

I. Case Report

A  9-year-old boy was referred from the
Neuropsychiatric Department with severe tongue ulcera-
tion. He had surgery at the age of 8 months for congeni-
tal heart disease, a ventricular septal defect. His psy-
chopathological history revealed that he was diagnosed
with ADHD and TS at age 8. There was no family history
of either condition, but both of his parents had cerebral
palsy at level II (Gross Motor Function Classification
System, GMFCS).

His parents described that his behavioral and emo-
tional development was normal until age 3, when he be-
gan to have increasingly hyperactive behavior and fre-
quent eye blinking. By age 5, he began to exhibit obses-
sive-compulsive symptoms, including touching, head
jerking, and limb twitching. In addition, vocal tics, hum-
ming, and sniffing appeared at age 7.

After diagnosis with ADHD and TS, pharmacological
treatment including, aripipazole (antipsychotics), ben-
ztropine (anticholinergics), and escitalopram (antide-
pressants), and psychological therapy were started at
the same time. And the antipsychotic drug was changed
from aripipazole to risperidone at about 6 months ago.
Despite continued therapy after diagnosis, he continued
to show tics and then began biting his tongue, as an SIB
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limited in only tongue, which started 2 months before
the referral to our clinic.

An intraoral examination revealed severe ulceration
from the right side to the tip of the tongue (Fig. 1).
Repeated biting quickly worsened the lesion and led to a
sensation of intense burning and ultimately progressive
difficulty chewing and swallowing food.

To limit SIB and prevent the possibility of severe in-
fection, we considered conservative treatment using a re—
movable intraoral appliance. However, according to his
parents, an appliance to limit tongue biting was already
tried at another clinic a month earlier, and that treat-
ment failed because he would not use the device. The
prior appliance was a one-piece splint, which the boy
said was extremely uncomfortable and difficult to wear.

Thus, we decided to use a two-piece splint, with sepa-
rate upper and lower parts. The removable appliance
was made from a soft polyvinyl resilient material with
about 3 mm thickness, enough to protect the tongue and
reduce discomfort of patient. The appliance was applied
to both the maxillary and mandibular arch (Fig. 2). In
addition, we recommend application of a topical oint-
ment and gargling with chlorohexidine.

Because we emphasized that the appliance would be
more comfortable to use and would help to alleviate his
pain, he agreed to accept it. He adapted well to the ap-
pliance without complaints. Just 3 weeks later, the
tongue lesions had healed significantly (Fig. 3). Because
the severe pain and burning sensation were reduced, his
nutritional status also improved. We expected that the
appliance would help to control the biting habit and em-
phasized that the appliance should be worn until the
habit totally disappeared.

The patients did not show up for regular appoint-
ments, however, through the telephone interview after 3
months, his mother told he did not wear it during about
a month and he had not bitten his tongue any more.
Since the object of appliance is not to stop the habit of
tongue biting, but to prevent the soft tissue damage
from the tongue biting, promote healing and make him
eat food more comportably, there is a possibility of recur-
rence for uncontolled neuropathic effect. Therefore, we
explained that the appliance may have to be adjusted or
remade at intervals of at least 6-12 months (recall inter-
vals depend on the patient's dental status) to allow for
eruption of teeth and further growth, if the tongue biting
is recurred.
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Fig. 2. A two-piece appliance was applied on the upper and lower dentition. Fig. 3. The wound healed 3 weeks after the insertion of the appliance.
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Il. Discussion

SIBs related motor tics have commonly reported in pa-
tients with TS, and these are occurred in sudden and
unpredictable condition. Thus, if the patient complains
of pain due to an SIB, clinicians should consider inter-
fering with or controlling the related tics. There are vari-
ous ways to manage tics, including pharmacological and
psychological approaches, and using appliances for pro—
tection. The drug therapy is considered as a treatment of
choice for TS, and the neuroleptic agents, such as
haloperidol and pimozide, and anxiolytics have been
used”. Also, several psychological approaches to TS have
been reported including relaxation training, massed neg-
ative practice, contingency management, self-monitoring
and habit reversal'’. However, although there has been
much progress with respect to the medical treatment of
TS, response rates to standard medications for TS, espe-
cially for more severe cases complicated by SIB, remain
unsatisfactory'.

Because there is no standard treatment for SIB, there
have been many different approaches to prevent self-in-
flicted oral trauma. Dental appliances or grinding of re-
lated teeth with behavior modification techniques and
pharmacological therapy can be applied for treatment of
oral SIBs. Occasionally, teeth extraction has been rec-
ommended'.

In this case, the 9-year-old patient with TS had suf-
fered from tongue biting as an SIB for 2 months. He had
already experienced failure of treatment with a one-piece
splint to prevent tongue biting. According to his expla-
nation, the major cause of failure was the inconvenience
of using the previous one-piece device. As most SIBs are
induced suddenly by unexpected stimuli, wearing a pro—
tective device as much as possible is important to protect
one from sudden trauma. The instruction about wearing
time should depend on when SIBs are developed™.
Thus, if a patient with an oral SIB does not adapt to the
appliance well, other types of appliance or other methods
for treatment should be considered.

Previous reports have described many different ap-
proaches and appliances that prevent self-inflicted intra-

1.8,10,11,20-25)

oral trauma . The appliances for prevention of

self-mutilation include bite blocks, oral shields, lip

* The most commonly used

bumpers, and mouth guards
oral device is a soft mouth guard®. The selection or de-
sign of an oral device depends on the severity and fre-

quency of tics, the neurological status, and the

330

prognosis®. The design of appliance should deflect the
tissues most likely to be damaged by involuntary move-
ments of the mandible away from the occlusal table. Tt
must also permit full range of mandibular motion, allow
for daily oral care, and withstand breakage and displace-
ment forces”. In addition, it should have sufficient reten-
tion, but also can be quickly removed to facilitate airway
management in the event of a respiratory emergency'”.
Although the decision for selecting fixed and removable
appliances depends on the patient's cooperation and
characteristics of injuries, removable appliances are easi-
er to insert and remove and are more hygienic compared
to fixed devices”™. The removable appliance to prevent
SIB should be comfortable, because the success of the
appliance depends completely on patient cooperation®.

In this case, we chose a two—piece splint. If SIBs are
associated with one side of dentition such as upper or
lower lip biting, an upper or lower protective appliance
can be available”. In this case, however, we determined
that the appliance for upper and lower dentition could be
more effective, since the biting lesion on tongue was de-
veloped by both. The major advantages of this two—piece
appliance are that it is more convenient to wear and al-
lowed him to eat, speak, yawn, and cough during use.
The appliance was fabricated from a soft silicone materi-
al with 3 mm thickness for convenience of patient as

17_28,29), and lt COUld provide tO_

well as protection of tongue
tal coverage to prevent the trauma'”. The patient was
comfortable with the appliance which was well accepted.
In addition, there is no possibility of secondary injury by
fracture of the appliance and it could be easily removed
for oral hygiene. However, the clinician should consider
the side effects for the wearing of appliance including not
only temporary increase of saliva secretion and pronun-
ciation problem, but periodontal problem by plaque re-
tention and altered occlusion®®?.

Early detection and intervention in patients with SIBs
will favorably influence the outcome, enhancing the pa-

* To prevent SIB, a suitable oral

tients quality of life
appliance as a conservative method should be considered
with behavioral and pharmacological therapy at the ini-
tial stages of treatment. The material and design of an
appropriate appliance should be selected after careful
consideration of the cause of the condition.

In addition, the most of medicines for TS patients in-
cluding haloperidol and pimozide have anticholinergic
properties that inhibit parasympathetic stimulation of

the salivary glands, causing hyposalivation. Since the



hyposalivation results in rapid progression of dental
caries and periodontal disease, the dentists must con-
cern about these potential problems™ .

In this case, the patient was referred from the neu-
ropsychiatric department. However, as a patient with
self-inflicted oral trauma may initially visit a dental clin-
ic, dentists should keep in mind that the conditions oc—
cur in several psychiatric, behavioral, and developmental
disorders. Also, the stress of dental treatment may exac-
erbate the tics and aberrant behaviors of patients with
TS. The clinicians should recognize it and provide an ac-
cepting environment for the patients.

V. Summary

It is important to understand a self-inflicted oral trau-
ma condition and develop effective methods to manage
it, especially for pediatric dentists who treat patients
with special needs as the patients with TS. The use of
oral appliances is one useful and conservative approach
to prevent SIBs. Because there are many types of appli-
ances, clinicians should consider the situation causing
the SIB and provide an appropriate appliance.
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