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Introduction

Minor salivary glands are spread out all areas of the oral sub-
mucosa including the hard palate except for anterior portion,
soft palate, lip, buccal area and even tongue. Although minor
salivary gland origin cancers account for a few percentages in
head and neck area, malignant rates are higher than major one.
Among low-grade malignant tumors of salivary gland, epitheli-
al-myoepithelial carcinoma (EMC) is uncommon that accounts
for only about up to 1% and usually wide excision of the tumor
is treatment of choice.

Herein, we present a case of EMC of oral tongue with recur-
rent neck metastasis treated with intraoral approach and endo-
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A 45-year-old female who presented with a salivary gland tumor on the oral and base of the
tongue underwent surgery via intraoral approach. It led to a recurrence of the primary site and
metastasis to bilateral cervical lymph nodes within 5 years of surgery. We performed resection
of the recurred tumor via transoral approach and endoscope assisted neck dissection via retro-
auricular approach. The patient has been alive for 5 years without recurrence or any complica-
tions. We report on this case where a minimally invasive approach was used to obtain excellent
cosmetic results and outstanding surgical outcomes.

Korean J Otorhinolaryngol-Head Neck Surg 2021;64(3):192-6

Key Words Endoscopic surgical procedure - Lymph node metastasis -
Malignant epithelial tumor - Minimally invasive surgical procedure -
Minor salivary gland - Salivary gland cancer.

scope assisted neck surgery via retroauricular (RA) approach
which produced excellent cosmetic results.

Case

A 45-year-old female visited another hospital with a single
oral and base of tongue mass for 10 years. She didn’t have any
symptoms, so she had not visited any hospital for 10 years. How-
ever, as the mass gradually increased, she had difficulty to artic-
ulate and swallow for several months. She had no medical dis-
ease history excepting probable systemic lupus erythematosus.

On the physical examination, about a 5 cm hard, fixed and
fungating mass was palpable on the right oral and base of tongue
area. Tongue was mobile, but there was a slight limitation of
movement (Fig. 1A). The vocal cord movement was intact un-
der laryngoscopy exam. There was no palpable lymph node
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on both neck areas.

CT and MRI showed a 6X5 cm of tumorous mass on the
base of tongue. The heterogeneous mass which has intermediate
and low signal intensity in T1 weighted MRI was well bordered
but extended to extrinsic muscle of tongue (Fig. 1B and C). Di-
agnostic biopsy was proven to malignant myoepithelial neo-
plasm. Minor salivary gland carcinoma of oropharynx (cT-
3NOMO, stage I1T) was clinically diagnosed.

A tumor, which sized 5.6x4.8 cm was completely resected
via a transoral approach under general anesthesia (Fig. 2A-C).
The rubbery and well encapsulated mass was found, and it had

a cystic portion (Fig. 2D). On the histopathologic examina-
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Fig. 1. First pre operatio

tion, myoepithelial cell proliferation with inconspicuous epi-
thelial components was found. The tumor was very close to
circumferential margin but there was no involvement of cir-
cumferential margin. After the surgery, the patient underwent
combined chemotherapy and radiation therapy (CCRT) with
6000 cGy/30 fxs. The postoperative one year follow up physi-
cal examination and CT showed no evidence of malignancy.
Tongue mobility and function of swallowing were preserved
after surgery and postoperative CCRT. The process so far had
been conducted at other hospitals, and she was follow up loss
for 5 years.

Postoperative 5-years after the 1st surgery, the patient came

n. A fixed and fungating mass was palpable on the right base of tongue (asterisk) (A). CT and MRI showed that

about 6 x5 cm of heterogeneous-featured mass on the base of tongue was well encapsulated and extended to the extrinsic muscle of
tongue. The mass has intermediate and low signal intensity in T1 weighted MRI (B, C).
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Fig. 2. First operation. The tumor was completely resected via a transoral approach under general anesthesia (A-C). Gross specimen. The
rubbery and well encapsulated mass which sized 5.6 x4.8 cm had a cystic portion (D).
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to our department with oral pain. On the physical examina-
tion, a small hard and fixed mass was palpable on the right
base of tongue (Fig. 3A and B). On the level II and III of both
sides of neck, several moderately hard and non-tender mass-
es were palpable approximately 2 cm in size.

T1 weighted contrast enhanced MRI showed an about 1-2
cm sized, elongated, solid and heterogenous lesion with pe-

ripheral rim enhancement at the right base of tongue. It was ex-
tended to genioglossus muscle and several enlarged heteroge-
nous lymph nodes at both neck level II and left level III (Fig.
3C-E).

The pathologic diagnosis by punch biopsy of base of tongue
mass and core needle biopsy of neck lymph nodes was a malig-
nant myoepithelial neoplasm, favor EMC with multiple lymph

Fig. 3. Second pre operation. A hard and fixed mass was palpable on the right base of tongue (asterisk) (A, B). T1 weighted contrast
enhanced MRI showed an about 1-2 cm sized elongated solid heterogenous lesion with peripheral rim enhancement at right base of
tongue to genioglossus muscle and several enlarged heterogenous lymph nodes at both neck level Il and left level lll (arrow) (C-E). Gross
specimen. The rubbery and gray-white color of mass was well encapsulated (F).
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node metastases. The EMC is same as previous biopsy results
5 years ago. A PET-CT showed a high-fluorodeoxyglucose
(FDG) uptake lesion of tongue base and both enlarged neck
nodes without distant metastasis. Minor salivary gland can-
cer of oropharynx (rcTIN2¢MO, stage IVA) was diagnosed.
The tumor was totally resected via transoral approach with 5
mm of margin. The rubbery and gray-white color of mass was
well encapsulated (Fig. 3F). Adjacent soft tissues were free
of tumor. Modified radical neck dissection was performed
via a bilateral RA approach to the bilateral metastatic cervi-
cal lymphadenopathy. Finally, the pathologic diagnosis was
an EMC of oropharynx with multiple neck metastases (4/13,
2 of right level II1, 1 of left level Ila, 1 of left level IIT). The
largest metastatic tumor size was 16 mm with 4 mm of extra
nodal extension. The patient is undergoing observation with-
out adjuvant treatment.

After the surgery, the patient was followed-up for 5 years.

Up to now, there are no local recurrence or metastatic lesion
(Fig. 4).

Discussion

In the mucosa of the oral cavity and nasopharynx, three ma-

jor and countless minor salivary glands are spread out. The ma-

jor salivary glands consist of parotid, submandibular, and sub-

lingual glands, and tumors occur in this order, followed by the
minor salivary glands.” Salivary gland cancer accounts for
only approximately 5% of all head and neck cancers.” And
the frequency of malignancy depends on the tumor location.”
Spiro,” in 2807 salivary neoplasms, a malignant rate was re-
viewed that 82% occurred in minor salivary glands, 43% in sub-
mandibular glands, and 25% in parotid glands. Salivary gland
cancers mostly appear as a painless or incidental mass, but some
of the patients may present rapid growing mass, pain, enlarged
neck nodes, and progressive loss of nerve function.”

There are about 450 to 700 minor salivary glands in oral cav-
ity, oropharynx, nasal cavity, nasopharynx and larynx. About
50% of intraoral minor salivary gland tumors are malignant.”
The malignant rate of them is different according to occurrence
site. The common areas include hard and soft palate, lip and
buccal mucosa. Patients complain various and symptoms and
show signs depending on size and location of tumor. More than
half of them are located in oral so usually cause a painless swell-
ing and mass. Nasopharynx or nasal cavity origin tumors can
cause nasal obstruction, epistaxis or facial pain. If the larynx
is infiltrated by tumor, voice change or dyspnea can be hap-
pened.”

EMC have both tubular and ductal structures lined by out-
er basal myoepithelial cells and inner luminal epithelial cells
histologically.”” 75% of EMC occur from the parotid gland,
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Fig. 4. 5 years after the surgery, there is no evidence of local recurrence or distant metastasis. The oral cavity and oropharynx after the

removal (A, B), both neck (C), and T1 weighted MRI (D-F).
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and approximately 10% arise in the submandibular glands and
minor salivary glands respectively.”” Especially the palate is
the most prevalent site of the EMC.” EMC is generally a low
grade malignant tumor of salivary glands and regional or dis-
tant metastasis is rare, but relatively has a high tendency for
local recurrence.” The optimal treatment of EMC is not yet
consented. In some studies, they argued that surgical resection
with sufficient margins is considered the best treatment. And
in some other studies, chemotherapy and radiotherapy may
also be a selective option."*'"

The ultimate goals of oral cancer treatment are to eradicate
all cancer cells, preserve the function, minimize the complica-
tion, and prevent recurrence. The commonly used surgical ap-
proaches are transoral, lower or upper cheek flap, visor flap,
pull through, lingual release and with or without mandibuloto-
my."”” Of these methods, the peroral approach can be applied
to early stage like T1 or 2 of oral cavity cancer of the mobile
tongue, floor of the mouth, buccal mucosa, and upper or lower
gingiva. And it enables surgical resection with enough margin
simultaneously with primary repair and also leave minimal
cosmetic and functional defects.”

Presence of neck lymph node metastasis is one of the most
important prognostic factors of head and neck cancer. Clas-
sic or modified radical neck dissection is a treatment of choice
of nodal metastasis. Transcervical approach in conventional
neck dissection leaves a prominent scar on the patient’s neck.
The need for improved cosmetic outcomes has become increas-
ingly emphasized in head and neck surgery.” Modified face-
lift, RA, axillary, or transaxillary and RA approach can be used
for endoscopically and robotically assisted neck dissection.'”

There are several benefits of endoscopic surgery via RA ap-
proach in comparison of conventional methods." First, cos-
metic effects are satisfactory. Along the hairline, the incision
is hidden behind the neck therefore it cannot be seen easily al-
though there is remnant postoperative scar. Second, the surgi-
cal procedures are minimally invasive to the patients, so they
recover earlier. Patients therefore experienced less complaints
like swelling and pain with rapid healing. Also, level II as well
as level Ib and III can be seen better in an endoscopic approach.
However, endoscopy provides limited direct visualization, so
an operator may have difficulty in recognizing the surgical
field precisely and managing intraoperative bleeding.

In our case, we did a successful removal of the primary site
and neck metastases via transoral and RA approaches, the pa-

tient is being free from disease. Thus, we could obtain excellent
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results with the continually advancing surgical equipment and
technique of head and neck surgery.
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