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Oral lymphoepithelial cysts are uncommon developmental
cysts that occur most frequently in the ventral surface and
lateral borders of the tongue and the floor of mouth.1 Here,
we presented a case of lymphoepithelial cyst at the right
ventral surface of the tongue of a 64-year-old male patient.

This 64-year-old male patient came to oral mucosal
disease clinic in the dental department of Far Eastern Me-
morial Hospital for treatment of a leukoplakia lesion at the
right lower labial mucosa and a small soft tissue tumor at
the right ventral surface of the tongue near the lingual
frenum area (Fig. 1A). The soft tissue tumor was asymp-
tomatic and present for 3 years. Clinical examination
showed a yellowish and slightly firm submucosal mass
measuring about 0.6� 0.5� 0.3 cm in size (Fig. 1A). The
oral leukoplakia lesion was treated by cryotherapy with
liquid nitrogen. The lingual soft tissue tumor was removed
under local anesthesia and sent for histopathological ex-
amination. Microscopically, it showed a lymphoepithelial
cyst lined by parakeratinized stratified squamous epithe-
lium and few keratin shreds in the cystic lumen. There was
a prominent lymphocytic infiltrate in the subepithelial
connective tissue of the fibrous cystic wall (Fig. 1BeD).
However, no lymphoid follicles were noted in the marked
lymphocytic infiltrate.

The lymphoepithelial cyst is a rare developmental cyst.
When the lymphoepithelial cyst is found in the lateral neck
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region, it is called as branchial cleft cyst. Sykara et al.
reported 26 cases of oral lymphoepithelial cysts. These 26
oral lymphoepithelial cysts occur in 14 women and 11 men
(one 32-year-old female patient with two identical lym-
phoepithelial cysts located at the bilateral posterior lateral
borders of the tongue). The mean age of the 25 patients
was 33� 10 years. Oral lymphoepithelial cysts are usually
firm (76%) or soft (24%) and covered by normal to yellow
(80%) or white oral mucosa (20%). The majority of lesions
measure less than 1 cm in greatest dimension (18 cases,
78%; three cases with unknown size). Most cases are
located at the tongue (18 cases, 69%) with 9 at the ventral
surface, 8 at the lateral borders, and one at the tongue tip.
The remaining 8 cases (31%) are at the floor of mouth. All
lesions are asymptomatic and surgically excised under local
anesthesia. Microscopically, 24 cases show parakeratinized
epithelial lining and all 26 cases have lymphoid tissues in
the fibrous cystic walls with 14 cases demonstrating a
follicular pattern with prominent germinal centers. The
oral lymphoepithelial cyst can be easily diagnosed without
the help of immunohistochemical staining to identify the
tumor or cell origin.2e5 The pathogenesis of oral lymphoe-
pithelial cyst remains obscure. Total excision is the treat-
ment of choice for all oral lymphoepithelial cysts and
recurrence of the lesion has not been reported in the
literature.1
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Figure 1 Clinical and histological photographs of our case of oral lymphoepithelial cyst. (A) The clinical photograph showed a
yellowish submucosal mass at the right ventral surface of the tongue near the lingual frenum (arrow). (B) Low-power micropho-
tograph demonstrated a cystic cavity with the epithelial lining and bluish fibrous cystic wall (hematoxylin and eosin stain; original
magnification, 4�). (C and D) Medium-power (C; original magnification, 10�) and high-power microphotographs (D; original
magnification, 20�) showed a lymphoepithelial cyst lined by parakeratinized stratified squamous epithelium and few keratin shreds
in the cystic lumen. There was a prominent lymphocytic infiltrate in the subepithelial connective tissue of the fibrous cystic wall
(hematoxylin and eosin stain).
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