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This article presents a case of an epidermoid cyst that
mimicked a thyroglossal duct cyst in a pediatric patient.
An 8-year-old boy was referred for evaluation of a
volumetric increase in the median cervical region with an
evolution of about 4 years. The skin in the submental
region was healthy and normal colored. Palpation
revealed a mobile, well-circumscribed nodular lesion

of soft consistency. Computed tomography of the neck
showed an expansive hypodense formation extend-

ing from the base of the tongue to the upper portion

of the hyoid bone, suggesting a thyroglossal duct

cyst. Considering the diagnostic hypothesis, cystic
enucleation via the Sistrunk procedure was planned.
However, no ductal structure was identified during the
surgical procedure, and the lesion was only near, but
not attached to, the hyoid bone. Simple excision of the
lesion was therefore performed. At the most recent
follow-up examination, about 3 months postopera-
tively, the patient demonstrated satisfactory clinical
progress. The epidermoid cyst close to the hyoid bone
presented diagnostic difficulty due to its similarity to a
thyroglossal duct cyst. Computed tomography provides
limited information for diagnosing this type of lesion,
and ultrasonography is the preferred test. In view of
the uncertain diagnosis in this case, the extent of the
excision was determined during the surgery, and simple
excision was a satisfactory treatment associated with a

good prognosis.
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ongenital masses in the head and neck region can

present as abnormalities of a cystic, solid, or vascular

nature and are rarely diagnosed as neoplasms. When
present in the midline of the neck, they may represent thyro- .
glossal duct cysts, dermoid or epidermoid cysts, branchial cleft
cysts, or teratomas.*

Epidermoid cysts are uncommon developmental lesions
resulting from the entrapment of ectodermal tissue along the
embryonic fusion lines.” Although they have a congenital origin,
they are usually diagnosed in the second or third decades of life
and can develop anywhere in the body.* Epidermoid cysts rep-
resent about 7% of cysts in the head and neck region and fewer
than 0.01% of oral cysts; when they do occur in the oral cavity,
the midline of the floor of the mouth is the most frequent loca-
tion.* When present in the anterior cervical region, these cysts
are usually located close to the hyoid bone, which may suggest a
diagnosis of thyroglossal duct cyst.

Clinically, epidermoid cysts manifest with slow growth, are
asymptomatic, are fluctuating or firm on palpation, and rarely
cause functional interference; however, in larger dimensions,
they can cause changes such as dysphagia, dysphonia, and
dyspnea. Microscopically, these cysts are covered with simple
stratified squamous epithelium and filled with keratin lamel-
lae. Diagnosis is made by clinical, imaging, and histopathologic
examinations. Depending on cyst location, surgical treatment
can be performed by an intraoral or extraoral approach and
results in a low recurrence rate and good prognosis.®’

This article presents a case of a pediatric patient with an
epidermoid cyst in the submental region. The cyst was in close
contact with the hyoid bone, mimicking a thyroglossal duct cyst,
and was removed via simple enucleation.

Case report

An 8-year-old boy was referred to the outpatient oral and maxil-
lofacial surgery and traumatology clinic of the Mato Grosso
Cancer Hospital, Cuiaba, Brazil, for evaluation of a volumetric
increase in the median cervical region with an evolution of
about 4 years.

On extraoral physical examination of the submental region,
the skin was healthy and normal colored. Palpation revealed a
mobile, well-circumscribed nodular lesion of soft consistency
(Fig 1). Intraorally, the structures were within normal limits.
Computed tomography of the neck without contrast enhance-
ment revealed an expansive, 2.5 x 2.0-cm hypodense formation
in the submental region (Fig 2). The lesion, which had regular
contours and well-defined margins, extended from the base of
the tongue to the upper portion of the hyoid bone. These fea-
tures led to the diagnostic hypothesis of a thyroglossal duct cyst.
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Fig 1. Volumetric increase in the submental region of an
8-year-old boy.
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Fig 4. Enucleation procedure. A. Total exposure of the cyst. B. Cyst measuring
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Fig 5. Histologic sections (hematoxylin and eosin stain). A. Cystic cavity covered by stratified
squamous epithelium containing keratin lamellae (original magnification x100). B. Stratified
squamous epithelium with keratin lamellae arranged in piles (original magnification x400)

Fine-needle aspiration cytology was performed, and the cytopa-
thologic report described adequate cellularity constituted predomi-
nantly by large epithelial cells and a few mononuclear cells, mainly
lymphocytes, in an amorphous background, which was compatible
with cystic content and absence of malignancy. Considering the
data from the clinical, imaging, and cytopathologic examinations,
the diagnostic hypothesis of thyroglossal duct cyst was supported.
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Fig 6. Symmetric submandibular region with
anormal-colored and clinically satisfactory
scar 40 days postsurgery.
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No ductal structure that was relevant to the
was identified during the surgical proce
the lesion was only near, but not attached to, the hyoid bone. The
cyst was completely removed without any bone, and sulures. were
placed in layers to minimize the formation of dead space. An intra-
dermal suture was then placed, aiming at a better esthetic result.

Macroscopically, the cyst had dimensions of 3.0 x 3.0 x 2.5
cm and weighed 10 g (Fig 4). The specimen was sent for histo-
pathologic examination, which revealed that the growth was an
epidermoid cyst, consisting of a cystic cavity covered by strati-
fied squamous epithelium without atypia and containing keratin
lamellae (Fig 5).

On the 7th postoperative day, the surgical wound had a good
appearance with scar formation and mild edema in the region.
On the 40th postoperative day, the volume of the median Eervi»
cal region was within the normal range, with a normal-colored
and clinically satisfactory scar (Fig 6).

The patient remains under observation and has not presented
any other complaints or clinical changes. At the most recent
follow-up examination, about 3 months postoperatively, the
patient demonstrated satisfactory clinical progress.

diagnostic hypothesis
dure, and it was found that

Discussion

This paper presents the clinical case of an epidermoid cyst
resembling, both clinically and on the imaging examinations,

a thyroglossal duct cyst. The absence of a ductal structure and
lack of contact with the hyoid bone, observed during the surgi-
cal procedure, resulted in a change in the surgical plan from the
Sistrunk procedure to simple enucleation.

The epidermoid cyst is one of 3 histologic variants of a lesion
primarily called a dermoid cyst: (1) an epidermoid cyst derived
from the ectodermal tissue, with a squamous epithelial lining,
without an attached structure; (2) a true dermoid cyst, originating
from ectodermal and mesodermal components, with association
of cutaneous attachments; and (3) a teratoid cyst/teratoma, with
an epithelial lining derived from the 3 germ layers.”*® Clinically,
they are asymptomatic, slow-growing, and present with fluctua-
tion.” The location can be referred to as sublingual, submental, or
lateral depending on the association between the lesion and the
oral floor. Cysts located below the mylohyoid muscle may pres-
ent in a submental or submandibular location, depending on the
laterality of the cyst.? In the present case, the cyst was painless,
with an evolution of about 4 years, a fluctuating consistency on
palpation, and a location inferior to the mylohyoid muscle in the
midline of the neck (ie, in the submental region).

Considering their similarity to thyroglossal duct cysts when
located in the anterior neck region, epidermoid cysts can be
distinguished from thyroglossal duct cysts by some important
differences. Dermoid/epidermoid cysts arise from elements of
the first and second branchial arches, resulting in a location
that tends to be more superficial in relation to the subcutaneous
tissues and nearer to the base of the tongue, while thyroglossal
duct cysts tend to be located more deeply and in close proximity
to the hyoid bone.** However, these differences are of little help
in forming a diagnosis in cases where the mass extends from the
base of the tongue to the hyoid bone, as in the present case.

Computed tomography cannot differentiate between the
Zlesions and is associated with exposure to radiation and

injection of contrast medium, while ultrasound can be useful
for assessing the depth of the cyst and its possible relation-

ship with the hyoid bone.*" A study carried out to determine
whether ultrasonography can differentiate dermoid cysts from
thyroglossal duct cysts in the midline of the neck concluded that
the presence of septa, an irregular wall, and solid components
can predict a thyroglossal duct cyst.* In the present case, the
proximity of the lesion to the hyoid bone on the computed
tomographic images suggested the diagnosis of a thyroglossal
duct cyst, which was proved to be incorrect during the surgery.
This experience reinforces the fact that computed tomography
has limited value in these cases, making it difficult to determine
the appropriate surgical technique to adopt.

In a review assessing the files from 48 years of an oral pathol-
ogy service, 13 (0.08%) of 15,387 cases were diagnosed as an
epidermoid cyst.* The microscopic characteristics of the epider-
moid cysts included stratified squamous epithelial lining with
fibrous capsule of the salivary glands, adipose tissue, and mela-
nin pigmentation.® Additionally, keratin lamellae are present in
the cystic lumen.” The epithelial lining and cystic content of the
lesion in the present case had such characteristics.

The treatment of epidermoid cysts is exclusively surgical. The
approach is determined by the location of the lesion in relation
to the mylohyoid muscle: extraoral when below the muscle and
intraoral when above." Although there is a clinical similarity
between epidermoid cysts and thyroglossal duct cysts, and surgi-
cal excision is indicated for both cases, the extent of the surgery
is different. While thyroglossal duct cysts have a high recurrence
rate if the entire tract and the middle portion of the hyoid bone
are not excised (Sistrunk procedure), epidermoid cysts can be
treated with simple excision without risking recurrence.” When
the diagnosis is not definitive, the Sistrunk procedure is planned
but converted to simple excision if an epidermoid or dermoid
cyst is identified. In the present case, considering the diagnostic
hypothesis of a thyroglossal duct cyst, excision with the Sistrunk
procedure was planned, and, in view of the submental location
below the mylohyoid muscle, extraoral access was used.

A retrospective study of 59 cases of patients with congenital
lesions in the midline of the neck examined over a 10-year
period revealed 33 cases (55.9%) of thyroglossal duct cyst and
14 cases (23.7%) of dermoid cysts. A total of 38 patients with
cysts had been admitted with a preoperative diagnosis of thy-
roglossal duct cyst, but the histopathologic report revealed the
presence of a dermoid cyst in 5 patients. Of the 38 lesions with
an initial diagnosis of thyroglossal duct cyst, 4 were treated
with simple excision. The histopathologic findings in 3 of these
cases led to the diagnosis of a dermoid cyst, and the findings
in 1 case resulted in the diagnosis of a thyroglossal duct cyst. It
is worth mentioning that, in the group that underwent simple
excision, there was 1 case of recurrence after 8 months due to
the incorrect diagnosis. The decision to treat the lesions with a
non-Sistrunk procedure in these 4 cases was made during the
operation because the cyst was separated from the hyoid bone
and there was no ductal continuity beyond the hyoid bone. The
other 34 cysts were treated with the Sistrunk procedure, and
histologic analysis revealed that 2 were not thyroglossal duct
cysts. The authors concluded that dermoid cysts attached to the
hyoid bone must also be treated by the Sistrunk technique.**
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Conclusion

An epidermoid cyst located close to the hyoid bone presents
substantial diagnostic difficulty due to its similarity to a thy-
roglossal duct cyst. Computed tomography provides limited
information for diagnosis of this type of lesion, and ultraso-
nography is the preferred test. Surgical excision is indicated
for both types of cyst, but the extent of the excision differs.
When no ductal structure is detected and the cyst is not
attached to the hyoid bone, simple enucleation after peri-
capsular dissection is the treatment of choice. In the present
case, in view of the uncertain diagnosis, the extent of the
excision was determined during the operation, and simple
excision was a satisfactory treatment associated with a good
prognosis. The patient did not experience postoperative
complications and remains without clinical or imaging evi-
dence of recurrence.
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