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Parotid duct bleeding, presentation of malignant
parotid gland papillary cystadenocarcinoma: rare

case report

Abstract

Bleeding from the parotid duct as one of the presenting signs and symptoms of the parotid
gland carcinoma, is considered rare one in comparison to the other signs and symptoms,
like; mass fixation, cervical lymphadenopathy, facial paralysis and skin ulceration. A
47-year-old male patient presented with history of bleeding per mouth associated with
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right facial swelling, no history of trauma or any surgical intervention. Patient underwent

a total parotidectomy and neck dissection after biopsy proven malignancy. Histological
examination of the specimen revealed papillary cystadenocarcinoma of the parotid gland
with lymph node metastasis. A parotid duct bleeding with parotid mass without history of

trauma my considered as clinical sign of parotid gland carcinoma.
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Introduction

Neck lymphadenopathy, facial nerve palsy, infiltration and
ulceration of the overlying skin, pain, rapid tumor growth, tumor
fixation and hardness are all considered as an alarming clinical signs
and symptoms of parotid gland malignancy,! bleeding from the
parotid duct in association with parotid mass is not well known sign
of malignancy in the parotid mass.?

Papillary cystadenocarcinoma was first described in 1991
by World Health Organization as a separate entity. Papillary
cystadenocarcinoma (PCA), is one of the rarest malignancies of
the salivary glands, known also as mucin-producing adenopapillary
carcinoma, it’s a slow growing tumor of the salivary glands. It has a
higher incidence in the submandibular gland followed by the parotid
gland and minor salivary glands.? It accounts for 2% of all salivary
glands neoplasms.

Case report

A 46-year-old male patient presented with oral cavity bleeding
since three months associated with gradually progressive swelling
since four years below and anterior to the right ear (Figurel), the
swelling mainly increase in size within one year. No previous
history of trauma or radiation, and the family and social history were
unremarkable. Physical examination revealed blood draining from the
right parotid duct associated with firm, painless, fixed mass, about
10-15 cm in size, without facial nerve paralysis or other neck masses.

Magnetic resonance imaging (MRI) of the neck revealed a large
lobulated mass replacing the superficial lobe of right parotid gland
and invades the main parotid duct, without cervical lymph node
enlargement Figure2. Features on neck MRI were suggestive of
malignant primary salivary gland tumor (likely adenocarcinoma).

Ultrasound-guided soft tissue mass biopsy, 5 passes an 18 G
x 20 cm needle were made into the target mass showed neoplastic
cells are positive for Pan-CK, S100, and focally for CK5/6. While
they are negative for CD31, P63 and SMA. Mucicarmine highlights
intracellular mucin. Perl’s stain for iron highlights hemosiderin
pigment. Feature of low grade mucoepidermoid carcinoma in right
parotid gland. Based on the clinical evaluation and imaging we staged
the tumor as T3NOMO.

Figure | Facial mass at the right side of the angle of mandible.

Figure 2: Axial Neck MRI Post-contrast fat-saturated T1-weighted
images (T1WI) showing a large lobulated mass replacing the
superficial lobe of right parotid gland with invasion of the mass into
the main parotid duct

Complete resection of the mass with Right total parotidectomy
with right supraomohyoid neck dissection were performed. Gross
pathological examination revealed the parotid gland tissue measuring
9x6. 5x3cm, with parotid duct measuring 2cm, sectioning shows
encapsulated multilocular cystic and solid lesion measuring 7.5x5.
5x2.5cm.

Microscopic examination revealed positive tumor cell for S100 and
negative for DOGI, p63, TTF1 and Nose. No extra nodal extension
was seen, parotid duct margin was free of tumor, no lymphvascualr
invasion, peri-neural invasion was seen (Figure 3). Encapsulated
tumor shows cystic changes with area of hemorrhage and extensive
papillary formation. Numerous goblet like cells containing mucin
were seen, these findings suggested a diagnosis of papillary
cystadenocarcinoma of the parotid gland. Without stromal invasion,
one lymph nodes showed metastatic tumor. After surgery patient sent
for adjuvant radiotherapy.
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Figure 2 Axial Neck MRI Post-contrast fat-saturated T|-weighted images
(T1WI) showing A large lobulated mass replacing the superficial lobe of right
parotid gland with invasion of the mass into the main parotid duct.

Figure 3 10X Hematoxylin and Eosin stain shows papillary tumor with
perineural invasion and surrounded by fibrous septae.

Discussion

The data from the literature regarding the Signs and symptoms
that alarming the clinician for the possibility of malignancy in the
parotid mass are limited, Stodulski et al.,> described in details the
signs of parotid gland malignancy and there prognostic factors and
in his series of 131 patient only tow (1.5%) were presented as parotid
duct bleeding.* Wong in his paper on symptoms of parotid gland
tumors pointed out the following signs, which suggest malignancy:
neck lymphadenopathy, facial nerve palsy, infiltration and ulceration
of the overlying skin, pain, rapid tumor growth, tumor fixation and
hardness.'

Salivary gland tumors are very rare diagnoses accounting for 1-6%
of all neoplasms of the head and neck; they have a diverse origin
and pathology.’ Up to 80% of the minor salivary glands masses are
malignant, where in contrast the vast majority of major salivary gland
tumors are benign.®’

Papillary cystadenocarcinoma was first defined in the 1991 by
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World health organization,’ it is also known as malignant papillary
cystadenoma,® low-grade papillary adenocarcinoma, or mucus-
producing adenopapillary carcinoma.’ It was recognized by WHO
as a low-grade malignant tumor with cysts and papillary endophytic
projections.

The epithelium is cuboidal or low columnar. Mucus secreting
cells can also be present It occupies 2% of malignant salivary gland
masses, with preponderance in the minor salivary glands (about 50%).
It was identified in 45% of case in the parotid gland and only 5% in
the submandibular gland.'° The majority of the patient had a complain
of a slow growing ,asymptomatic mass. Despite its character as a
low grade tumor, there have been several cases in literature that have
presented with an aggressive behavior and higher grade pathological
features.!! In our case it was associated with lymph node metastasis.

The histological diagnosis of the malignant nature of the tumor
is confirmed by nuclear pleomorphism, mitosis and infiltrative
growth pattern also The morphological characteristic of the mass is
determined by Magnetic resonance imaging which ascertain whether
it is solid, necrotic or cystic and its rapports to the other adjacent
structures and the degree of infiltration.!? Literature review of the
management of salivary gland carcinoma is favorable for complete
surgical excision which is the main stay of treatment for such cases.'

With selective neck dissection being reserved for high stage tumors
and/or high grade parotid gland tumor by clinical examination.'>!"
parotid duct bleeding in association with low grade malignant parotid
mass should alarm the clinician toward aggressive behavior of that
disease.

Adjuvant radiotherapy is proposed for cases with a large
masses>4cm, recurrent disease with peri-nueral invasion, nodal
disease, incomplete or close margins, and in metastatic disease.

Conclusion

Bleeding from the parotid duct should alarm the clinician
toward more malignant behavior of the parotid mass. Papillary
cystadenocarcinoma is a very rare tumor; it’s characterized by a
low grade, slow growing tumor which is asymptomatic, with the
presenting complaint being painless progressive swelling of the
affected gland. Clinical signs of advanced TNM stage and parotid
duct bleeding as in our case should direct the surgeon toward more
aggressive management.'®
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