A Recurrent Sialolipoma of the Parotid Gland
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ABSTRACT

Sialolipoma is a rare and recently described histologic variant of intraoral lipoma. A case of slow-enlarging mass of the right parotid region with recurrence in a 65-year-old woman is presented. The clinical impression was a benign salivary gland tumor. The tumor was situated between right parotid gland and right massetor muscle, thus a superficial parotidectomy was performed. Histopathology revealed a sialolipoma of the parotid gland. A recurrent right parotid tumor noted after a 3-month followed-up, and a revised superficial parotidectomy was performed. Although surgical excision is recommended for most parotid gland sialolipoma, an appropriate postoperative followed-up is required as even sialolipoma is confirmed. 
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INTRODUCTION
Sialolipoma is a rare and recently described histologic variant of intraoral lipoma, characterized by both well-circumscribed proliferation of mature adipose tissue and entrapped normal salivary glandular elements [1]. Up to present, there have been more than 30 cases of sialolipoma reported in the literature. The overall incidence in adults’ salivary gland tumors was 0.3% [1]; besides, they were prevalent in the parotid gland [2, with approximately 90% occurred in adults [3] and few in children [4]. Anyway, there were no signs of recurrence and complication during the postoperative followed-up [2,3,5]. However, we presented an exceptional case of parotid gland sialolipoma with recurrence despite of a superficial parotidectomy. 
CASE REPORT
A 65-year-old woman presented with a right infra-auricular painlessly slow-growing mass for over 4 months. Physical examination showed a palpable non-tender, round, mobile and elastic mass, 3×2 cm, at right parotid region, and there was not any other neck mass. The computed tomography (CT) demonstrated a well-circumscribed and mildly enhanced lesion, 2.3×1.7×1.9 cm, located between the right parotid gland and masseter muscle (figure A). Therefore, superficial parotidectomy was recommended, and a brown, soft, well-circumscribed mass, 3×3×3 cm, was excised en bloc (figure B). Histopathology demonstrated mature adipose tissues and glandular elements were surrounded by a fibrous capsule, consistent with sialolipoma (figure C). 
However, after 3 months, right parotid painful swelling occurred. Magnetic resonance imaging (MRI) demonstrated a cystic, ovoid lesion, 2.5×1.7×2.6 cm, in right parotid space so a sialocele was impressed (figure D). A revised superficial parotidectomy was performed, and a soft well-defined mass, 2×2×2 cm, located at the parotid region was identified. Histopathology reported sialolipoma again. Over the following 5 months, it was uneventful and there was not any recurrence. 
DISCUSSION

Although sonography is the first choice for most neck masses [2,6], CT and MRI analyses may be better to demonstrate a parotid gland neoplasm [1,6]. Sialolipoma is characterized by a well-circumscribed tumor under a high-resolution CT signal [6] and high MRI intensity [1]. In our case, CT scan revealed a more enhanced mass than the superficial parotid gland lobe at the right parotid region (figure A) which was an irregularly marginated fatty mass contiguous, associated with multiple soft tissue density materials. However, MRI could not differentiate tumor capsule from fibrous septa of subcutaneous tissue of the cheek in the congenital sialolipoma and MRI suggested that the tumor apparently had extended into the subcutaneous fat [3]. The imaging cannot differentiate certainty between a benign neoplasm and is extremely hard to confirm a preoperative diagnosis of sialolipoma so superficial parotidectomy was recommended. Although simple surgical excision has been used in cases of minor salivary gland sialolipomas [1,3], superficial parotidectomy or total parotidectomy with entire surgical removal of the tumor is recommended for most parotid gland sialolipoma [1,4,6]. 

Microscopically, sialolipoma has a unique feature, entrapped salivary gland lesions with predominately extensive mature adipose tissue different from adenolipoma, lipomatosis, true lipoma, fibrolipoma, and spindle cell lipoma [1]. The histopathogenesis of these infrequent tumors are still unclear [3,5], and might be related to salivary gland dysfunction that results in alterations to the salivary gland [5]. None of the 30 cases of sialolipoma reported in the English medical literature has recurrence after surgical excision [2-5]. However, our case is unique because it demonstrated a recurrence despite of total excision. We could not exclude the possibility of recurrence might be resulted from another new origin of sialolipoma, or residual of the surgery. Therefore, an appropriate postoperative followed-up is required as even sialolipoma is confirmed. 
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A: Computed tomography demonstrated a more enhanced mass (filled arrows) than the superficial parotid gland lobe (hollow arrows) at the right parotid region. 
B: During right superficial parotidectomy, a soft and well-circumscribed mass was noted in the tail of superior parotid gland lobe (B-1, dotted circle), and then was separated from the parotid gland (B-2). 
C: Histopathology shows adipose cells assembles in trabecular pattern among the glandular cells (100×, H&E stain). 
D: T1-weighted magnetic resonance imaging demonstrated a Gadonium-enhanced mass at right parotid region (filled arrow-heads). 
