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A Case of Primary Lymphoepithelial Carcinoma in the
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ymphoepithelial carcinoma (LEC) is an undifferentiated tumour that is associated with a dense lymphoid stroma. An exceptionally high incidence of this tumour is found in the Inuit populations and Asians1,2.
This neoplasm has been associated with Epstein-Barr
virus (EBV) infection2,3. LECs of salivary glands represent rare epithelial malignancies. They have been reported rarely in the minor salivary glands, particularly in
the palate. This case report describes a primary LEC
arising from the palate, which may come from the minor
salivary gland.

L

Case Report
A 74-year-old Chinese woman presented to Peking University School and Hospital of Stomatology with the
chief complaint of a mucosal ulceration in the palate,
which had been present for one year. The ulceration was
a little painful, and had initially grown slowly, but had
grown very quickly in the previous month. She had taken antibiotics, with no change in her symptoms. She had
worn complete dentures for a few years. She reported no
associated fever, rhinostegnosis or rhinorrhagia, but she
had a history of tuberculosis, with a node in the neck 2
years previously, which had been resected and verified
by a biopsy, followed by anti-tuberculosis treatment for
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6 months. Two biopsies on the mucosal ulceration were
made 8 months and 4 months previously respectively,
and were described histologically as 'oral ulceration' by
the local hospital.
Physical examination revealed a large, deep, red, mucosal ulceration in the posterior hard palate to hard-soft
palate junction, which was approximately 2.5 x 2.5 cm,
clean, mulberry-like, fleshy, with a non-flat floor and
firm, protuberant borders surrounding the ulcer (Fig 1).
It was firm and painful on palpation. She was edentulous. No evidence of other mucosal abnormality or enlargement of cervical lymph nodes was present. There
was no positive evidence of chest x-rays.
Cone Beam CT (NewTom, QRDVT-9000, Italy) scanning revealed a lesion in the left side of the hard palate
with focal bony destruction (Fig 2). A purified protein
derivative (PPD) test was negative. The results of physical examination of the nose, nasopharynx and larynx indicated no mucosal abnormalities and the nasopharyngeal biopsy was negative. An incisional biopsy of the ulceration was carried out and the result of histopathological analysis indicated a LEC. Under light microscopy,
tumour islands were infiltrated by abundant lymphoid
tissues, and carcinoma cells were mixed with many
small lymphocytes. The epithelial layer remained intact.
Indistinct cell borders, vesicular nuclei and prominent
nucleoli were found in carcinoma cells (Fig 3). A combination of surgical resection and adjuvant radiotherapy
was suggested to the patient, but she insisted on returning to her local hospital for treatment.
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LEC, once known as undifferentiated carcinoma with
lymphoid stroma and carcinoma ex lymphoepithelial lesion, is an undifferentiated tumour that is associated with
65
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Fig 1 A large, deep, red, mucosal ulceration was present in the posterior hard palate at the junction of hard-soft palate.

Fig 2 A Cone Beam CT scanning revealed a lesion in left side of hard palate with focal bony destruction. A) Coronal plane.
B) Sagittal plane

a dense lymphoid stroma1,4,5. Undifferentiated carcinomas of salivary glands are a group of uncommon malignant epithelial neoplasms that lack the specific lightmicroscopic morphological features of other types of
salivary gland carcinomas. These carcinomas are similar histologically to undifferentiated carcinomas that
arise in other organs and tissues. According to the 1991
World Health Organization (WHO) classification of
salivary gland tumours, LEC is classified as undifferentiated carcinoma of the salivary gland. As a variant of undifferentiated carcinoma, it is distinguished from small
cell and large cell undifferentiated carcinoma by its association with benign lymphoepithelial lesions2,3. But
according to the 2005 WHO classification, LEC is de66

fined as an independent classification of salivary gland
tumours6.
Of the reported occurrences, 80% of LEC in salivary
gland are in the parotid glands, followed by the submandibular glands7. In addition to the presence of a
parotid or submandibular mass, pain is a frequent symptom, and facial nerve palsy occurs in approximately 20%
of patients. Of the patients, > 40% have metastases to
cervical lymph nodes at initial presentation, 20% develop local recurrences or lymph node metastases, and 20%
develop distant metastases, which tend to occur in the
lung, liver, bone and brain8,9. A 5-year survival rate of
75–86% has been reported in patients treated by combined surgery (including neck dissection) and radiation
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Fig 3 Light microscopy of lymphoepithelial carcinoma of minor salivary gland. A) Carcinoma cells are mixed with many small lymphocytes. Tumour islands are infiltrated by abundant lymphoid tissues. Epithelial layer is intact. B) Indistinct cell borders, vesicular
nuclei and prominent nucleoli are found in carcinoma cells.

therapy2,8. Many results indicated that EBV infection
and certain geographic factors play important roles in
the pathogenesis of the salivary LEC1-3.
Histologically, tumours in the minor salivary glands include pleomorphic adenoma, adenoid cystic carcinoma,
mucoepidermoid carcinoma, acinic cell carcinoma and
adenocarcinoma. They are characterised by a higher incidence of palatal involvement10,11. Wang et al11 reported 60 cases of carcinoma of minor salivary gland in the
palate; the occurrence of the tumours in descending order was mucoepidermoid carcinoma, adenoid cystic carcinoma, malignant pleomorphic adenoma, adenocarcinoma and acinic cell carcinoma. However, due to the fact
that most cases affect the parotid gland, LEC has rarely
been reported in the minor salivary glands in the literature. Two cases described the buccal area as the primary
sites12-14. In the present study, we report a LEC which
may have developed in the minor salivary glands of the
palate of a 74-year-old woman.
LEC is very similar to nasopharynx carcinoma
(NPC), which is also related to EBV infection. So an important differential diagnosis is NPC, and a complete examination should be done to exclude NPC3. In the present case, the examination of the nose, nasopharynx and
larynx indicated no mucosal abnormalities. Clinically,
another differential diagnosis is midline malignant reticulosis (MMR), the symptoms most commonly being
swelling, ulceration and necrosis in the midline of palate,
accompanied by a perforation of the palate. A necrotising infiltration of atypical lymphoid cells mixed with in-
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flammatory cells was confirmed as the histopathological feature of MMR15. It is also difficult to differentiate
LEC from other neoplasms that present as an ulceration,
including mucoepidermoid carcinoma, adenoid cystic
carcinoma, acinic cell carcinoma, and adenocarcinoma.
Light microscopy is helpful to arrive at the final diagnosis.
Since LEC is so rare, when cases present they are easily misdiagnosed. A continuous ulceration with a history of tuberculosis node led to a first impression of tuberculosis ulceration. Inappropriate biopsy sites and lack of
knowledge of this tumour could lead to delays in diagnosis. Any lesion arising from the hard palate should be
considered as a possible minor salivary gland tumour16.
Accordingly, avoiding a misdiagnosis is a primary concern in the diagnosis of these neoplasms, especially in
small salivary gland.
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