Case Report

Basal Cell Adenoma Arising in the Minor
Salivary Gland of the Hard Palate
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Basal Cell Adenoma (BCA) is an extremely rare benign salivary gland tumour that usually arises in the parotid gland. The incidence
of BCA is 1%-3% of all salivary gland tumours. Here, we report an extremely rare case of BCA arising in the minor salivary gland

of the hard palate of a young man.
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CASE REPORT

A 24-year-old, Malaysian man was referred to Okayama University
Hospital in February 2014 for the evaluation of a painless mass in his
hard palate that had increased in size over several months. There
was no medical, dental or personal history related to the patient's
main complaint. General clinical examination was unremarkable with
no history of systemic diseases. The extraoral examination revealed
a symmetrical face and no extraoral swelling.

Intraoral examination showed that the mass on hard palate was round,
measuring approximately 12 mm in diameter, elastic, and relatively
soft. The mucosa covering the mass was normal [Table/Fig-1a].

[Table/Fig-1a]: Intraoral view at the first visit.

Computed Tomography (CT) imaging showed a round, well-
circumscribed mass with no resorption in the hard palate bone
[Table/Fig-1b]. We made the clinical diagnosis of benign palatal
tumour based on the clinical features and CT images. On the basis
of this clinical diagnosis, we conducted a tumour resection with a
5 mm safety margin under local anaesthesia. The periosteum of
the palate bone was also removed. The histopathological diagnosis
was BCA in the palate. No recurrence has been detected in the two
years of follow up since the surgery.

Histopathologically, the tumour was well encapsulated by fibrous
connective tissue. The tumour tissue showed numerous epithelial

[Table/Fig-1b]: CT scan CT imaging showed that the mass was round and well-
circumscribed.

tumour nests of varying size, with collagenous stroma. The tumour
nests were composed of uniform basaloid cells with scant cytoplasm,
undefined cell borders and round-to-oval nuclei arranged in tubules,
with trabecular sheets. Many duct-like structures lined by cuboidal
or basaloid cells were evident within the trabecular tumour nests.
Occasionally, peripheral cuboidal cell palisading were observed in
the tumour nests.

The mitotic rate was 1/10 high-power field (hpf). In the
immunohistochemical staining, positive reactions for pancytokeratin,
cytokeratin-14, p63, S-100 and vimentin were observed in the
tumour nests. The pancytokeratin staining was most intense in the
ductal cells. Cytokeratin-14 showed positivity across the whole
tumour nests. The peripheral and palisading cells tend to show a
positive reaction for myoepithelial markers. Many S-100-positive
spindle cells were observed in the fibrous stromal tissue. The Ki-
67 index was 3%. These histological findings were consistent with
BCA, tubulo-trabecular type [Table/Fig-2].

DISCUSSION

Salivary gland tumours are uncommon, accounting for <56% of all
head and neck tumours [1]. BCA accounts for <1% of all salivary
gland tumours [1]. Among the reported cases of BCA, 75% were
located in the parotid gland and 20% were located in the minor
salivary glands of the lip [2]. The BCA located in a minor salivary
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[Table/Fig-2]: Histopathological features of the patient's palatal BCA 100X. a) H-E
stain. Immunoreactivity for b) pancytokeratin; c) cytokeratin-14; d) vimentin; e) p63;
f) Ki-67; g) S-100 protein.

gland in the palate, as in the present patient, is extremely rare [2].
Only five other BCA cases arising at the hard palate have been
reported [2-6]. In all of the prior cases, the treatment was surgical
excision.

BCA was first described by Kleina in 1967 and BCA is included as a
salivary gland tumour in the 1991 World Health Organization (WHO)
classification [7]. BCAs display basaloid cells with a prominent basal
cell layer and a distinct basement membrane-like structure without
a myxochondroid component. BCAs can arise at any age and in
either sex, they have usually been observed in the seventh decade
of life and more often in females; the male to female ratio being
1:2.

The present BCA arose in a male in his twenties, which is extremely
rare. For the reasons mentioned above, it was difficult to clinically
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diagnose his tumour as a BCA case. Pathologically, the differential
diagnosis of Basal Cell Adenocarcinoma (BCAC) and Adenoid
Cystic Carcinoma (ACC) versus BCA is difficult because of the
similar cellular composition of these tumours. However, histologically
BCACs show infiltration into adjacent structures, and ACCs lack
a vascular component and show perineural invasion compared to
BCAs [1].

Inimmunohistochemistry analyses, BCACs and BCAs have exhibited
nuclear p63, S-100, and cytokeratin protein [2]. These findings are
helpful for differentiating basal cell neoplasms from ACCs. The final
diagnosis is difficult based on imaging and clinical findings alone.
Nagao K et al., indicated that the Ki-67 labeling index is <3% in
BCAs but are over 30% in BCACs, and that Ki-67 labeling should
thus be performed to distinguish BCA from BCAC [8].

BCAs are categorized by their morphologic pattern into four
subtypes: solid, trabecular, tubular, and membranous types. The
tumour usually shows a predominance of one of these patterns.
The present BCA exhibited predominantly the tubular pattern with
some areas of the trabecular pattern. BCAs are usually a non-
recurrent tumour, except for the membranous type, which has
a recurrence rate of 25% [9]. Although, it is an extremely rare,
malignant transformation of BCA has been reported. Careful follow
up of BCAs is thus advisable.

CONCLUSION

Basal cell adenoma is rare benign tumor arising in minor salivary
gland. Membranous type BCA is at high risk of developing
recurrence.
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