—Case Reports—

Epidermoid Cyst Arising on the Body of the Tongue:

Case Report and Literature Review

Takashi Ueno', Ryoko Takayama®, Shin-Ichi Osada® and Hidehisa Saeki’

'Department of Dermatology, Nishi-Omiya Hospital, Saitama, Japan

*Department of Cutaneous and Mucosal Pathophysiology, Graduate School of Medicine, Nippon Medical School, Tokyo, Japan

‘Department of Dermatology and Plastic Surgery, Akita University Graduate School of Medicine, Akita, Japan

Background: Epidermoid cysts of the body of the tongue are rare. Only 12 cases of such lesions have
been reported in the English literature.

Case: A 14-year-old boy had a 7x5-mm-sized cystic lesion with a yellowish-white surface on the ventral
aspect of his tongue. The cystic wall was composed of squamous epithelium containing keratinous ma-
terial. No skin appendages were attached to the wall. These findings were consistent with a diagnosis
of an epidermoid cyst.

Literature Review: For the thirteen cases, including ours, the average age was 18.0 years. The highest
incidence was found in the first decade of life. Eight of the patients were male and five were female.
The size varied from several millimeters to several centimeters. There may be a left side predilection of
the occurrence. There is no evidence for malignant transformation of epidermoid cysts of the tongue,
though two cases were reported as carcinoma arising from an epidermoid or dermoid cyst of another
oral area.

Discussion: Epidermoid cysts of the body of the tongue are congenital or acquired. The congenital type
can arise due to a failure of surface ectoderm separation or invagination of the surface ectoderm along
the embryologic fusion sites. The acquired type is caused by trauma, with implanting of an epithelial
element into the deeper tissue. In the present case, it was difficult to determine whether the pathogene-
sis was congenital or acquired because there are no clinical or histopathological differences between the

two types. (J] Nippon Med Sch 2018; 85: 343-346)
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Introduction
The spectrum of oral dermoid cysts consists of epider-
moid cysts, “true” dermoid cysts, and teratoid cysts".
They represent cystic lesions filled with sebum-like mate-
rials and have some overlapping features such as a well-
circumscribed nodular appearance, a lack of tenderness,
and a cyst wall consisting of stratified squamous epithe-
lium". Epidermoid and dermoid cysts are inclusion cysts
derived from the ectoderm. The epidermoid cyst is lined
by squamous epithelium, whereas the dermoid cyst is
lined by squamous epithelium with skin appendages”.
The teratoid cyst is composed of tissues derived from at

least one of the embryonic germ layers®.

Epidermoid cysts of the body of the tongue are rare.
To the best of our knowledge, only twelve cases of such
lesions have been reported in the English literature™.
Herein, we report a case of an epidermoid cyst of the
body of the tongue. Because the previous reports were
from dentistry institutes, and departments of otolaryn-
gology or pediatric surgery, the lesion is not widely rec-
ognized by dermatologists. This is the first case report on
an epidermoid cyst of the body of the tongue from a der-

matology department.
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Fig. 1 Clinical appearance. A 7x5-mm-sized nodular le-
sion with a yellowish-white surface was located to
the left of the lingual frenulum on the ventral as-
pect of the tongue.

Fig. 2 Histopathological view. The cyst is just below the
overlying mucosa. (H & E stain, x10)

Case
A 14-year-old boy presented with a slow-growing asymp-
tomatic nodule on his tongue. The patient noticed it
eight months before the first visit and had no history of
injury to the oral cavity. On clinical examination, a 7x5
mm, well-demarcated, elastic hard nodule with a
yellowish-white surface was located to the left of the lin-
gual frenulum on the ventral aspect of the tongue (Fig.
1). The nodule was resected under local anesthesia.
Histopathological study revealed that a cyst with kerati-
nous material existed below the overlying mucosa (Fig.
2) and that the cyst wall was composed of a non-
keratinized squamous epithelium resembling the oral lin-
ing mucosa (Fig. 3). No skin appendages were attached
to the cystic wall. These clinicopathological findings were

consistent with a diagnosis of an epidermoid cyst.
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Fig. 3 Higher magnification of the boxed portion in Fig.

2. The cyst is lined with non-keratinized squamous
epithelium (arrows) and contains keratinous mate-
rial () with retained nuclei. (H & E stain, x100)

Literature Review

Of the thirteen patients with epidermoid cysts of the
body of the tongue, including our case (Table 1), eight
were male and five were female. Their average age was
18.0 years. The highest incidence was in the first decade
of life, followed by the second. In seven cases, the cyst
manifested at birth or when the patient was under 2
years old. The size varied from millimeters to centimeters
with an intralingual epidermoid cyst measuring a maxi-
mum size of 6.4 cm’. There may be a left side predilec-
tion of the occurrence; seven were on the left side, one
on the midline, and the laterality was not described for
the others. Although epidermoid cysts of the body of the
tongue are generally asymptomatic and slow-growing,
the larger cysts caused difficulties in eating, swallowing,
speaking, and even breathing.

In most instances, the cysts were totally resected, ex-
cept for one treated by marsupialization®. Akerson et al’
described a case in which asymptomatic swelling of the
tongue suddenly increased with subsequent dysphagia
and dysphonia within 24 hours. Thus, the lesion is rec-
ommended to be treated as soon as possible to avoid a
sudden increase in size™.

There is no evidence for malignant transformation of
epidermoid cysts of the tongue, although two cases that
occurred in other oral areas developed squamous cell
carcinoma, a dermoid cyst in the sublingual area™, and

an epidermoid cyst within the sublingual gland”.
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Epidermoid Cyst of the Tongue

Table 1 Cases of epidermoid cysts of the body of the tongue

Age First . Site
Authors (y.0.) Sex noticed Size # (of the tongue) Symptoms Treatment
1 Quinn (1960) 9 M at birth N/D  anterior aspect drainage through an excision
orifice on the dorsum
2 Goldberg (1965) 22 M N/D 0.4 left, N/D excision
ventral aspect
3 Akerson et al. (1974) 10 F N/D 3.5 midline, dorsal rapid dysphagia and excision
dysphonia
4 Valtonen et al. (1986) 0.4 F N/D 15 left N/D marsupialization
5 Reddy et al. (1991) 0.2 F at birth 5 ventral difficulty in breast and excision
bottle feeding

6 Corréa et al. (2003) 1.2 M at birth 0.8 left, friction against the excision
ventral part alveolus

7 Wada et al. (2010) 71 M 70or71y.o. 1.4 left swelling and continu- excision
ous pain

8  Akinbami et al. (2011) 32 M at birth 6.4 intralingual difficulty in swallow- excision

ing, speech, and masti-
cation
9 Lakshmi et al. (2011) 5 F at birth left, anterior affecting speech articu- excision
lation
10  Pereira et al. (2011) 12 M 1lor12y.o. anterior, discomfort and affect- excision
ventral ing normal function
11  Saxena et al. (2015) 12 M 1.5y.0. ventral aspect  difficulty in breathing, excision
eating, and swallowing

12 Churasia et al. (2015) 45 F 43y.o0. left, dorsal difficulty in eating, and excision
chewing

13 Present case 14 M 13 y.o. 0.7 left, excision

ventral aspect

M: male # maximum diameter (cm)
F: female N/D: not described

Discussion
Epidermoid cysts that develop in the oral cavity are rare
and have a predilection for the floor of the mouth’. Cases
like ours, in which the epidermoid cyst was located in
the tongue proper without extending to the floor of
mouth, are extremely rare®.

The tongue consists of two parts with different origins,
the body with an oral origin and the root with a pharyn-
geal origin'’. The body of the tongue is derived from the
first three pharyngeal arches: the lateral processes and
the tuberculum impar. In the embryonic period, the swel-
lings fuse to form the body of the tongue®. The root of
the tongue arises from the second, third, and fourth pha-
ryngeal arches®. Moreover, the oral mucosa is classified
into three types: specialized mucosa, lining mucosa, and
masticatory mucosa. The dorsal and ventral surfaces of
the tongue are covered by specialized mucosa and lining
mucosa with a non-keratinized epithelium, respectively".

An oral epidermoid cyst can be congenital or ac-
quired*. The congenital type can arise due to the failure
of the surface ectoderm to separate from the underlying
neural tube, or from invagination of the surface ectoderm

along the embryologic fusion sites during the embryonic
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stage”. In contrast, the acquired type is caused by trauma,
resulting in implantation of the surface epithelial element
into the deeper tissue’.

It was difficult to determine whether the present case
was a congenital cyst or an acquired one. The lack of a
history of injury suggests the former”. However, the lat-
ter may not be connected in the patient’s mind with any
specific injury”. Furthermore, there are no clinical or
histopathological differences between the congenital and

acquired types™®.
Conflict of Interest: None declared.
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