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A Case of Oropharyngeal Teratoma Associated with
Subluxation of Temporomandibular Joint: A Case Report

Ji Won Moon, MD and Moon Sung Park, MD
Department of Pediatrics, Ajou University School of Medicine, Suwon, Korea

ABSTRACT

Teratomas are the most common congenital tumors and contain cells from the ecto-
derm, mesoderm, and endoderm. They are mainly located in the central axis of the
body. The tumors are most commonly found in the sacrococcygeal region, followed
by the gonadal site and mediastinum, and rarely in the head and neck. Teratomas
can cause various clinical symptoms depending on the location of the mass and may
result in feeding difficulties or respiratory distress. We present a case of oropharyngeal
teratoma accompanied by respiratory distress and persistent feeding difficulties,
leading to compression of the temporomandibular joint, which in turn caused sub-
luxation.

Key Words: Teratoma; Oropharyngeal teratoma; Subluxation

INTRODUCTION

Teratomas are common congenital tumors with an incidence of 1 in 4,000 live births.
However, oropharyngeal teratoma (OPT), also known as epignathus, is an extremely rare
congenital teratoma with an incidence of 1 in 35,000 to 1 in 200,000 live births"?. The bulk
tumor mass often obstructs the oral cavity, resulting in life-threatening airway blockage and
feeding problems, contributing to high mortality and morbidity rates during the perinatal
period. OPT is usually associated with polyhydramnios and can be prenatally diagnosed
using ultrasonography. We present a case of OPT associated with temporomandibular joint
(TMJ) subluxation, cleft palate, and tongue anomalies. This rare disease’s clinical characteri-

stics, diagnosis, and treatment are also reviewed.

CASE REPORT

The mother received regular antenatal care from a local obstetrician without significant
problems. However, at 35 weeks of gestation, the patient was transferred to our hospital
with sonographically diagnosed polyhydramnios. At 35> weeks of gestation, a planned
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cesarean section was performed, resulting in the birth of a female
infant weighing 2,080 g. The Apgar scores were 6 and 7 at 1 and 5
minutes, respectively. During initial management in the delivery
room, a large oral cavity mass was found, and the infant was
admitted to the neonatal intensive care unit of Ajou University.
During the physical examination, the mouth could not be
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completely closed. When viewing the face from the front, the
heights of both TMJ differed by more than 1 cm, and a noticeable
asymmetry was observed. Consequently, a detailed inspection of
the oral cavity was not possible because of the limited motion of
the TMJ. A laryngoscopy revealed an OPT on the right side of the
tongue. No anomalies were found in other parts of the body. The

Figure 1. (A) A heterogeneous mass measuring 3.6x1.8x2 cm in size is located at the right
oropharynx on computed tomography (arrow) and (B) composed of a tooth-like structure on

magnetic resonance imaging (arrowheads).

Figure 2. (A, B) The right (Rt) condylar process was deviated, and the mandibular fossa
demonstrated hypoplasia (arrows). (C) Facial computed tomography showed a subluxation of
the temporomandibular joint (arrowheads). Abbreviation: Lt, left.

Figure 3. (A) A mass was seen in the right oropharyngeal region (arrow). (B) The oropharyn-
geal mass was then fully exposed, and part of the mass was removed (arrowheads). (C) Ab-
normalities of the tongue, such as a fissured tongue and accessory tongue, were observed, along
with cleft palate (large arrow).
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patient exhibited intermittent chest retraction with inspiratory
stridor, which the mass may have caused. The infant remained
stable with 25% (7 L) of high-flow nasal cannula therapy and
maintained stable vital signs, including oxygen saturation. How-
ever, the infant experienced intermittent episodes of desaturation
caused by regurgitation and aspiration during feeding that were
transitioned to room air. Therefore, a gavage tube was inserted to
continue oxygen therapy.

Initial blood examination results, including arterial blood gas
analysis, were insignificant. Chest radiography revealed no ab-
normalities. Echocardiography showed a 2.5 mm sized muscular
ventricular septal defect and a 2.4 mm sized atrial septal defect,
with no hemodynamic significance. Laryngoscopy revealed a
mass on the right side at the base of the tongue. Neck computed
tomography (CT) showed a 2.8 cm calcified mass in the right
oropharynx, resulting in compression of the internal jugular
vein and posterolateral displacement of the internal carotid
artery (Figure 1A). Neck magnetic resonance imaging (MRI)

showed a 3.6x1.8x2 cm-sized heterogeneous mass in the right

Figure 4. The oropharyngeal mass was whitish and round, mea-
suring approximately 3.5x2.5x1.4 cm.
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oropharynx with multiple tooth-like masses (Figure 1B). Right
TM]J subluxation was also observed on facial 3D CT (Figure 2).
Fortunately, there was no evidence of mass invasion into the
brain parenchyma or cerebrospinal space on the brain MRI.

On hospital day 41, the mass was surgically removed under
general endotracheal anesthesia (Figure 3A, B). Owing to limited
intraoral access because of TM] subluxation, only a partial
amount of the teratoma was initially removed. Postoperatively,
a cleft palate was observed beneath the mass (Figure 3C). The
resected mass was round and white, measuring approximately
3.5%2.5x1.4 cm (Figure 4). The histology of the mass confirmed a
mature teratoma containing keratinized squamous epithelium,
glandular epithelium, and a bony structure (Figure 5).

The infant underwent rehabilitation therapy to improve masti-
cation and swallowing function. Subluxation of the TMJ was cor-
rected after complete resection. In a videofluoroscopic swallowing
study (VFSS) conducted immediately after surgical removal, 40%
ofbottle feeding demonstrated effective swallowing, whereas 60%
exhibited nasal regurgitation. However, following rehabilitation,
theinfant could consumeliquids and solid food without exhibiting
signs of aspiration or penetration into the oral cavity, pharynx, or
esophagus, as observed during VFSS evaluation.

DISCUSSION

Teratomas are among the most frequent congenital tumors
originating from germ cells, representing approximately 3% of all
childhood malignancies. These tumors are distributed along the
body’s midline, from the head to the coccyx. The coccyx region
accounts for approximately 40% of cases, while head and neck

Figure 5. The biopsy results indicated the presence of a keratinizing squamous epithelial-lining
lesion in the right oropharynx. It was eventually diagnosed as a mature teratoma (H&E stain, x20).
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tumors comprise 2% to 9%°.

Malformations that occur in the oropharyngeal cavity of new-
borns are known as epignathus. Palatal, craniofacial, and cerebral
malformations may accompany OPT?. A cleft palate is the mal-
formation most commonly associated with epignathus, with an
incidence of 6% to 20%”. Additionally, split tongue and cranio-
facial anomalies, including corpus callosum abnormalities, are
commonly observed®. These anomalies can lead to generalized
upper airway obstruction, respiratory failure, and feeding diffi-
culties. These observations indicate that teratomas within the
neck’s central region have the potential to grow in size and are
associated with a poor prognosis”. In this case, the teratoma was
located at the root of the right tongue, the respiratory distress was
relativelymild, and the patient showed improvement with a high-
flow nasal cannula. The infant was presented with a cleft palate
and a split tongue. These intraoral anomalies likely contribute to
feeding difficulties, primarily by interfering with proper sucking.
Approximately 67% of children affected by cleft palate report
encountering feeding difficulties®.

If the teratoma is large, it can be detected using antenatal ultra-
sonography. In this case, the patient’s mother was diagnosed with
polyhydramnios using ultrasonography. This condition is likely
attributable to an intraoral mass, which appears to compromise
the fetus’s normal aspiration of amniotic fluid. It has been reported
that polyhydramnios because of obstruction can occur in as
many as 30% of cases”.

Postnatal diagnosis of this condition can be achieved using CT
or MRI. These diagnostic modalities help ascertain the precise
location and dimensions of the tumor, as well as its potential
intracranial infiltration. Approximately 50% of teratomas are
calcified and may contain osteoid material'®. In this case, there
was no other vascular or intracranial involvement with calcifica-
tion or dental components. Additionally, an oropharyngeal mass
can cause structural issues because of its mass effect, including
compression of the internal jugular vein and posterolateral dis-
placement of the internal carotid artery. Subluxation of the right
TM] is also observed. TM]J diseases, which encompass congenital
and developmental alterations, can include hypoplasia and
aplasia of joint structures and require long-term rehabilitation'?,

Most teratomas are benign and can be treated by surgical ex-
cision'?. In this case, the infant had limited access because of
TMJ subluxation; therefore, partial resection was performed,
and a second surgery was required. The clinical improvement

suggests that surgical removal may have partially relieved the TM]J
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subluxation and that rehabilitation would have been beneficial.
The infant showed improvements in eating and swallowing. She
could seal her lips, control tongue movements, chew food on her
own, drinkliquids from a straw, and eat baby foods from a spoon.

We present a case of arare tumor in the oropharynx of aneonate
with respiratory distress and feeding difficulties. In the present
case, the location of the teratoma at the base of the right tongue
did not immediately cause severe respiratory tract obstruction
at birth. However, a teratoma, concomitant cleft palate, palatal
deformity, or subluxation of the TMJ may result in feeding diffi-
culties in infants. In other words, the presence of TM]J subluxation
set this case apart from the typical presentation because of the
mass effect caused by the tumor’s particular location and size.
The procedure was performed in two stages because of the
surgical complexity associated with this condition. However, with
consistent rehabilitation efforts, the functionality was restored to
make liquid and solid diets feasible.

Nevertheless, it is imperative to emphasize the importance of
ongoing reevaluation and continuous follow-up. Our clinical
experience demonstrates a potential association between feeding
difficulties and underlying anatomical anomalies in the oral cavity
and upper respiratory tract. This case emphasizes the importance
of identifying and understanding such anatomical anomalies,
as they can significantly contribute to feeding difficulties and
affect the overall well-being of infants. Timely recognition and
appropriate management are essential for optimizing feeding
abilities and promoting the healthy development of affected neo-
nates. This report aimed to raise awareness among healthcare
professionals regarding the significance of investigating anato-
mical factors in neonatal feeding difficulties, ultimately enhancing
the quality of care provided to vulnerable patients.
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