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ABSTRACT

Self-mutilation is a behavioral disturbance characterized by 
the deliberate destruction of or damage to body tissues. This 
case report describes a 7-year-old child reported with multiple 
ulcerations in the oral cavity due to self-biting. Intraoral exami-
nation showed ulcerations on the left and right buccal mucosa 
and tongue. Medical history revealed history of fever accom-
panied by acute onset of flaccid paralysis and encephalopathy. 
Magnetic resonance imaging brain was suggestive of acute 
viral meningoencephalitis. Japanese encephalitis (JE) infec-
tion was confirmed by immunoglobulin M (IgM) detection. The 
damage due to self-biting was progressive in nature and the 
patient’s condition did not improve on medication. Extractions 
of permanent teeth were carried out under local anesthesia to 
prevent the self-injurious behavior (SIB).
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INTRODUCTION

Japanese encephalitis is one of the leading forms of viral 
encephalitis worldwide. It is most prevalent in eastern 
and southern Asia. It is caused by the Japanese encepha-
litis virus (JEV), which belongs to the family Flaviviridae. 
Japanese encephalitis virus was first isolated in Japan 
in 1935.1 The mosquitoes of Culex genus are the major 
vectors of JEV. Children are commonly affected by the 
disease. Humans become infected when bitten by an 
infected mosquito. They are a dead-end host because 
of low viremia, preventing the virus from being further 
transmitted.2
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Japanese encephalitis typically develops after an 
incubation period of 5 to 15 days. The disease turns lethal 
due to failure of the host to produce antibodies against 
the virus.3 The ability to cross the blood–brain barrier 
is an important factor for increased pathogenesis and 
clinical outcome of infection. The JEV on entering the 
body through a mosquito bite reaches the central nervous 
system (CNS) via leukocytes, where its virions bind to 
the endothelial surface of the CNS and are internalized 
by endocytosis.4 The CNS manifestations are a result of 
neuronal cell death. This occurs either by direct neuronal 
killing, wherein viral multiplication within neuronal 
cells leads to cell death, or by indirect killing, due to a 
massive inflammatory response leading to an upregula-
tion of reactive oxygen species and cytokines leading to 
neuronal death.5

The extent and severity of clinical manifestations 
caused by JE depend on which part of the nervous system 
is affected. It includes early symptoms, such as nonspe-
cific febrile illness, diarrhea, and rigor, followed by symp-
toms, such as reduced levels of consciousness, seizures, 
headache, photophobia, and vomiting. Later symptoms 
include flaccid paralysis, generalized hypertonia, rigid-
ity, and other abnormalities in movement. Cognitive and 
language impairment can be present as neuropsychiatric 
sequelae in many survivors of JE.6

The goal of this case report is to highlight the oral 
self-mutilation as a rare neurological manifestation in a 
patient with JE.

CASE report

A 7-year-old child reported with a complaint of oral 
ulcerations on tongue and buccal mucosa due to self-
biting. Intraoral examination revealed multiple ulcer-
ations on left and right buccal mucosa along the occlusal 
plane. The tongue ulcerations were extensive involving 
dorsum, left and right lateral borders, and ventral surface 
(Fig. 1).

The medical history was contributory. The child 
had history of fever followed by vomiting and acute 
onset of flaccid paralysis and encephalopathy 6 months 
earlier. The child also had respiratory obstruction and 
was intubated and ventilated for 2 weeks. Magnetic 
resonance imaging brain showed a hyperintensity in 
pons and cerebellum along with cervical and thoracic 
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spinal involvement. The cerebrospinal fluid examination 
revealed lymphocytosis. A clinical possibility of acute 
viral meningoencephalitis was considered. Serological 
confirmation was done using JEV-specific IgM antibod-
ies with enzyme-linked immunosorbent assay kit. The 
results were positive, confirming the clinical diagnosis.

The patient had recovered apparently well from the 
condition. Subsequent to that, the child developed SIB 
and started biting on tongue and cheek. The develop-
mental history of the child was normal and social inter-
actions were appropriate for age before he was affected 
by the condition. The patient was on antipsychotic 
and antianxiety medications, i.e., oral risperidone and 
clonazepam. Despite medication, there was no improve-
ment in the SIB. Initially, the conservative approach 
was tried and the sharp cusp of teeth was trimmed to 
decrease the severity of trauma from biting, but it was 
not useful. Considering the previous history of acute 
flaccid paralysis and respiratory obstruction, a consul-
tation was sought from the pediatric neurology team 
for fabrication of an intraoral appliance to protect oral 
structures from injury due to self-biting. They advised 

to avoid the use of any intraoral appliance therapy 
considering the child’s behavior and fear of aspiration. 
Thus, extractions of permanent teeth were carried out 
under local anesthesia to protect the oral structures. An 
improvement was noticed in the oral wounds following 
extractions of teeth (Fig. 2). The patient is under regular 
follow-up. After 8 months, no further worsening of oral 
condition has been reported (Fig. 3).

DISCUSSION

Self-mutilation is a behavioral disturbance consisting of 
the deliberate destruction of or damage to body tissues, 
which is not associated with any conscious intent to 
commit suicide. Cuts, burns, scratches, blunt injury, 
and bites are the most common forms of self-injury. The 
head, oral and perioral tissues, hands, and neck are the 
most frequently affected anatomical regions. Although 
prevalence of this behavior in the general population 
has not been estimated, it has been suggested that it may 
affect around 750 individuals per 100,000 population.7 
The reported prevalence among psychiatric patients 
varies between 21 and 82% and that in mentally retarded 

Figs 1A and B: (A) Ulcerations of buccal mucosa along the occlusal plane. (B) Tongue 
ulcerations involving dorsum, lateral borders, and ventral surface

Fig. 2: An improvement in tongue ulcerations following teeth extraction Fig. 3: Oral condition after 8 months follow-up
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institutionalized individuals is estimated to be between 
7.7 and 22.8%.8

Simeon and Favazza9 classified the SIB into four cat-
egories (stereotypic, major, compulsive, and impulsive). 
Stereotypic behavior, such as self-hitting, face slapping, 
head banging, hand chewing, and self-biting is seen in 
organic brain disorder. These are fixed, highly repeti-
tive, biologically driven behavior pattern with mild-
to-severe tissue damage, e.g., Lesch–Nyhan syndrome 
and autism. Individuals with major SIB are insensitive 
to pain and this can lead to severe and life-threatening 
tissue injuries, e.g., eye enucleation and limb ampu-
tation. These are mostly seen in patients with severe 
psychotic intoxication. Compulsive SIB shows behavior 
with mild-to-moderate severity of skin picking, hair 
pulling, and nail biting. The patient is compelled to 
execute the impulse, although may wish to resist it. 
Impulsive SIB tends to be isolated or habitual, char-
acterized by skin cutting, burning, or self-hitting of a 
mild-to-moderate severity. These are more sporadic and 
externally triggered.10

Viral or metabolic encephalitis has been regarded as 
cause of SIB.10 Till date, no case report has been published 
in the literature where JE led to oral self-mutilation. The 
patient in the present case was developmentally normal 
until he got infected with JEV. The probable reason for 
developing SIB could be a neuronal cell death caused by 
JEV infection leading to pain insensitivity.11

The treatment plan for management of self-inflicting 
oral injuries depends upon the severity and frequency 
of biting episodes. A majority of cases improved with 
medication. Some may require conservative alternatives 
like acrylic splints or soft resin mouthguards to protect 
the dentition and oral structures. However, in few cases, 
such as the one presented in this article, medication and 
conservative approach remain ineffective and extraction 
of teeth seems inevitable.

CONCLUSION

Japanese encephalitis can present with various neurologi-
cal manifestations. Although oral manifestations of this 
syndrome are not so characteristic, it can be considered 
as a differential diagnosis in patients with SIB.
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