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Basal cell adenocarcinomas are exceptionally rare and
were first included in the histopathological classifi-
cation of salivary gland tumors by the World Health
Organization in 1991. These tumors are generally
described as a low-grade malignancy with rare re-
gional or distant metastasis. However, 48 basal cell
adenocarcinoma cases arising from the major salivary
glands have been described as high-grade malignancy
in the English literature. Surgical excision and possib-
le postoperative radiotherapy is the treatment of choi-
ce. Close follow up is mandatory for early detection of

Introduction

Basal cell adenocarcinoma (BCAC), which was
histopathologically classified by the World Health
Organization in 1991, is a rare malignant tumor
arising from the salivary glands (1, 2). To the best
of our knowledge, fewer than 600 cases of BCAC
arising from the major salivary glands have been
reported in the literature up to 2015, and only 48
of them have been described as high-grade BCAC
(3).

In this case report, the patient with high-grade
BCAC arising from the parotid gland is presented
and the characteristics of the disease are summa-
rized in light of the literature.

Case Presentation

A 66-year-old female applied to our clinic with
a 2-year history of a slow-growing, painless, and
semi-mobilemassintherightparotidgland. Phys-
ical examination revealed a solid, semi-mobile,
25 mm x 20 mm soft tissue mass in the right
parotid gland. Magnetic resonance imaging
(MRI) with contrast revealed a well-defined
and minimally heterogeneous mass located on

possible local recurrence. A 66-year-old female with
high-grade basal cell adenocarcinoma of the parotid
gland was presented in this study. Total parotidec-
tomy with protection of the facial nerve integrity and
postoperative radiotherapy were performed. At the
most recent follow-up examination, 24 months after
the surgery, the patient had no complaints and there
was no sign of disease recurrence.
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the superficial lobe of the parotid gland, mea-
suring 22 mm x 18 mm (Figure 1). The neck was
free of the disease. Fine needle aspiration biopsy
did not enable us to make a diagnosis of malig-
nancy. Written informed consent was received
from the patient, and the tumor was resected by
superficial parotidectomy with preservation of
the facial nerve.

Microscopically, basaloid cell islands were ob-
served. Dark basophilic cells were often located
in the peripheral area, whereas pale basophilic
cells were located in the central area (Figure
2). Alpha chymotrypsin, mucin, S 100 (Figure
3), and p63 (Figure 4) staining led us to make
a diagnosis of BCAC (solid type). Further-
more, the existence of atypical mitotic figures,
pleomorphism, vascular, and perineural inva-
sion, necrosis, solid growth pattern, invasion
into the parotid gland, and high Ki-67 index
(80%) (Figure 5) were the indicators of a high-
grade tumor. Thus the final histopathological
diagnosis was high-grade BCAC (solid type).
According to the decision of the institution's
tumor-board, the patient underwent additional
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Figure 5. Histopathological appearance with high Ki-67 index
(80%) X10

surgery and total parotidectomy with preservation of the
facial nerve. Histopathologically, there was no tumor in the
deep parotid lobe. Treatment was completed by postopera-
tive radiotherapy. At the most recent follow-up examina-
tion, 24 months after the last surgery, there was no sign of
disease recurrence.

Discussion

Basal cell adenocarcinoma composes only 1.4% of all ma-
jor salivary gland malignant tumors, and it primarily arises
from the parotid gland (88%) followed by the submandibular
(11.2%) and sublingual (0.8%) glands. This tumor is also re-
ferred to as carcinoma ex-monomorphic adenoma, basaloid
salivary gland carcinoma, and malignant basal cell tumor (3).
Minor salivary glands are less common locations for BCAC,
which is most frequently seen in the hard palate and buccal
mucosa (4, 5). These tumors mostly arise de novo (77%), but

' ' ' ' they might also arise from preexisting basal cell adenomas
Figure 3. Histopathological appearance with S100 staining X10 (23%) (2)
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Clinically, BCAC is a slowly enlarging, non-tender mass (3).
'The average symptom duration prior to diagnosis has been re-
ported to be 1.8 years by Ellis and Wiskovitch (6). Addition-
al cutaneous adnexal lesions are also observed in about 10% of
BCAC cases. According to the retrospective database review of
The National Cancer Database in the US between 1998 and
2012 by Zhan et al. (3) 47.3% of the tumors were 2 cm to 4 cm
in diameter, and 35.8% of them were less than 2 cm in diameter.
'The average age at diagnosis is 64 years (range 18 years to 92
years).

Histopathologically, BCAC tumors are classified as solid, mem-
branous, tubular, or trabecular. The majority of them are the
solid type, which has much more perineural and intravascular
growth potential, and 19 solid, six membranous, three trabec-
ular, and one tubular type BCAC were reported by Ellis and
Wiskovitch (6) in their series of 29 cases. Moreover, regional
and systemic metastasis rates are also higher for the solid type.
Thus, the classification of BCAC might influence the treatment
protocol and prognosis (2, 6).

Basal cell adenocarcinoma is generally described as a low-
grade malignancy and prognosis is usually good. In 45 cases
with BCAC, 8% had cervical lymph node metastases, 4%
had distant metastases, and 2% resulted in exitus as report-
ed by Muller et al. (2) for a long follow-up period. In anoth-
er study, regional and distant (lungs, scalp, manubrium, etc.)
metastasis rates were reported as 11.9% and 1.8%, respec-
tively, by Zhan and Lentsch (3). Surgical excision with free
margins is the most common treatment of choice (45.1%).
This is followed by surgery and postoperative radiotherapy
(39.4%) and by only close follow up without any treatment
(6.9%) (3).

Zhan et al. (3) described 48 high-grade (solid type, overexpres-
sion of p53 and high Ki-67 index) BCAC cases (9.43%) in a
database review of the National Cancer Database. Another re-
view of 11 BCAC cases was performed, and solid pattern and
overexpression of Ki-67 index and p53 were observed on histo-
pathological examination by Nagao et al. (7). The clinical and
histopathological features of these high-grade BCACs are more
aggressive. Extraglandular invasion and T'3- or T'4-stage tumors
might be seen more frequently, and surgery and postoperative
radiotherapy are more often performed as a treatment for these
cases. Even when the surgical margins are free of the tumor,
BCAC tends to make a local recurrence (16.7%-50%) between
6 and 24 months after the surgery. Thus, long-term follow up is
required (2, 3,7, 8).

Clinical and histopathological regional metastasis rates were
reported as 6.7% and 11.9% for BCAC, respectively, by Zhan
et al. (3) Furthermore, the occult nodal metastasis rate was re-
ported as 5.7%. Thus, neck dissection is not required for NO
neck cases.

Solid-type adenoid cystic carcinoma, cutaneous basal cell
carcinoma, basal cell adenoma, and small cell carcinoma
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should all be taken into consideration for differential diag-
nosis (3,7, 8).

In this presentation, the patient with high-grade BCAC of the
parotid gland was staged as T2NOMO. The patient’s treatment
was completed by total parotidectomy and postoperative radio-
therapy due to the aggressive features of the solid-type high-
grade BCAC. Facial nerve integrity and function were protect-
ed. At the most recent follow-up examination, 24 months after
the last surgery, the patient had no complaints and there were no
signs of disease recurrence.

Conclusion

Clinical and histopathological features of high-grade
BCAC:s (solid type) are more aggressive. Treatment gener-
ally includes surgery and postoperative radiotherapy. Even
when the surgical margins are free of the tumor, BCAC
tends to make a local recurrence. Thus, long-term follow
up is required.
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