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Oral lymphoepithelial cyst (LEC) is a rare cystic lesion that
develops within oral lymphoid tissue.1e5 Here, we pre-
sented an oral LEC at the right posterior lateral border of
the tongue of a 42-year-old female patient.

This 42-year-old female patient came to our oral
mucosal disease clinic for treatment of a small mass at the
right posterior lateral border of the tongue for 2.5 months.
The mass was soft, painless, and elevated, and it measured
approximately 0.5 cm in greatest dimension. The clinical
impression was a fibroma. Because the tumor mass was
small with pink and smooth surface, the treatment plan was
total surgical excision of the mass. After discussing with the
patient and obtaining the signed informed consent, the
small tumor mass was totally excised under local anes-
thesia. The removed soft tissue specimen was sent for
histopathological examination. Microscopically, it showed a
multicystic lesion lined by the parakeratinized stratified
squamous epithelium without rete ridges (Fig. 1AeD). The
cystic lumens were filled with desquamated epithelial cells
and shreds of parakeratin with pyknotic epithelial cell
nuclei (Fig. 1E and F). The most characteristic feature was
the presence of lymphoid tissues in nearly the entire fibrous
cystic wall (Fig. 1AeD) and germinal centers in the
lymphoid tissues (Fig. 1G and H). The above-mentioned
striking findings finally confirmed the histopathological
diagnosis of an oral LEC.1e5

The pathogenesis of oral LEC is still not clear, but there
are two possible theories that explain the formation of the
oral LEC. The developmental lesion theory suggests that
013
l Sciences of the Republic of China.
vecommons.org/licenses/by-nc-nd
oral LECs may develop from the salivary or surface mucosal
epithelium enclaved in the lymphoid tissue during
embryogenesis. The subsequent proliferation of the
entrapped epithelium in the lymphoid tissue finally leads to
the formation of oral LEC. The other obstruction theory
suggests that the tonsillar crypt may become obstructed or
pinched off from the surface, resulting in the accumulation
of the desquamated epithelial cells and keratin debris in
the blind tonsillar crypt and the subsequent formation of
the oral LEC.

Oral LEC is the oral counterpart of the branchial cleft
cyst (cervical LEC).1,2 Sykara et al.2 reviewed 316 cases of
oral LECs in the literature. They found that there is no
gender predilection for the oral LEC patients with a female
to male ratio of 1:0.9. The oral LEC patients show a broad
age distribution (2e81 years), but they are more frequently
in the third to fifth decades of life. The 316 oral LECs occur
most commonly at the floor of mouth (160 cases, 50.63%)
and the tongue (114 cases, 36.08%), followed in a
descending order by the soft palate, buccal mucosa, hard
palate, labial mucosa, palatoglossal fold, glossodesmus,
and retromolar area.2 Microscopically, oral LECs are pre-
dominantly lined by thin, parakeratinized stratified squa-
mous epithelium with flattened rete pegs. However, they
may be lined by orthokeratinized or non-keratinized strat-
ified squamous epithelium or pseudostratified columnar or
ciliated columnar epithelium with mucous/goblet cells. The
lymphoid tissue may surround the entire oral LEC or part of
the cyst and is often arranged in a follicular pattern with
Publishing services by Elsevier B.V. This is an open access article under
/4.0/).

http://crossmark.crossref.org/dialog/?doi=10.1016/j.jds.2023.06.013&domain=pdf
www.sciencedirect.com/science/journal/19917902
https://doi.org/10.1016/j.jds.2023.06.013
https://doi.org/10.1016/j.jds.2023.06.013
https://doi.org/10.1016/j.jds.2023.06.013
http://creativecommons.org/licenses/by-nc-nd/4.0/


Figure 1 Histopathological photomicrographs of our case of
oral lymphoepithelial cyst. (AeD) Low-power and medium-
power photomicrographs exhibiting a multicystic lesion lined
by the parakeratinized stratified squamous epithelium without
rete ridges as well as the presence of lymphoid tissues in nearly
the entire fibrous cystic wall. (E and F) High-power photomi-
crographs demonstrating desquamated epithelial cells and
shreds of parakeratin with pyknotic epithelial cell nuclei in the
cystic lumens. (G and H) Medium-power and high-power pho-
tomicrographs showing the germinal centers in the lymphoid
tissues (H&E; original magnification; A, 4�; B, C, D and G, 10�;
E and H, 20�; F, 40�).
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prominent germinal centers.1e5 The oral LECs are best
treated by total surgical excision, and recurrence of the
oral LEC has not been reported in the literature.2
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