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Case Report

Adenocystic carcinoma of palate masquerading benign cystic
palatal lesion : A rare case report
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now free of disease even after 2 years of follow u

Adenocystic carcinoma (ACC) is a rare epithelial malignancy of salivary gland origin, accounting for
<1% of all head & neck malignancies. Palate is a preferred site. It shows female predominance, preference
in 5th and 6th decade of life, slow growth rate, perineural invasion, distant metastasis and potential for
local recurrence. Surgery with radiotherapy is the treatment modality of choice. We present a case of
34 years old female, who was diagnosed to have an infected cystic lesion on FNAC. HPE of resected
specimen confirmed it as ACC. Patient received combined treatment (Surgery + Radiotherapy), and
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denocystic carcinoma (ACC) is a rare epithelial

malignancy of salivary gland origin. It accounts for less
than 1 % of all head and neck malignancies & almost 10 %
of salivary gland tumours belong to this variety. It mainly
affects minor salivary glands however sites of respiratory
tract like larynx & lungs have also been reported to be involved
by ACC owing to the presence of submucosal or
seromucinous glands?. The preferred location of this tumour
is palate, especially area of junction between soft and hard
palate®. Demographically females are affected more by ACC,
in 5th or 6th decade of life*. Tumour usually follows a slow
growth pattern with indolent disease course which makes
it look more like a benign rather a malignant lesion & can
be held responsible for its delayed presentation. ACC has
gathered various names based on its histological studies
which includes basiloma, cylindroma, adenoepithelioma
and adenoid basilod carcinoma®. Histopathological
classification holds prognostic values for ACC®. Based on
histology this tumour has three varients i.e. cribriform, tubular
and solid. Cribriform or “swiss cheese” variant is most
common and also has the best prognosis. A single tumour
can show more than one histological pattern. A peculiar
feature of this tumour is the neurotropic tendency for
metastasis’. Gasserian ganglion has been reported to be
the intracranial site involved by ACC?. Lymphatic and
haematogenous spread occurs rarely, however cases of
distant metastasis to bone, lungs and soft tissues by
haematogenous route exists®. Tumour can be dealt with
either by single modality (Surgery/ Radiotherapy/
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Editor's Comment :

B ACCs are very much capable of masquerading a
benign lesion because of its slow growth rate,
indolent course, asymptomatic presentation (most
of the times) and cellular pleomorphism leading to
inaccurate histo-pathological diagnosis on FNAC or
small punch biopsy.

A low threshold for combining radiotherapy along
with surgery for treatment should be practiced
since the tumour has recurrence potential. | hope
this delivers the desired information. | hope for the
positive response from your esteemed journal with
respect to this article.

chemotherapy) or as combined therapy'. Wide local
excision with adequate margins and post op radiotherapy
is the preferred modality of treatment for this tumour". We
present a case of 34 years old lady who was misdiagnosed
based on disease course and FNAC findings and had to
undergo repeat surgical excision of the lesion.
Case RePORT

34 years old lady presented to our outpatient department
with complain of a slowly progressing swelling on left side
of palate for past 8 months. She experienced no pain,
difficulty in chewing / swallowing or loosening of teeth and
any other swelling in head and neck region. She never had
smoking, alcoholism and tobacco chewing habits. On
detailed clinical evaluation she was found to have a soft to
firm swelling involving left side of soft palate (Fig 1). Swelling
measured approximately 3cm X 2cm & had smooth surface.
This non mobile swelling did not have ulcerations on surface.
Patient had carious teeth. No other swelling or neck lymph
nodes were palpable. Palatal movements were also
bilaterally symmetrical. Nasal endoscopy also failed to report
anything relevant.

Fine needle aspiration cytology was done from the
lesion. FNAC reported the lesion as benign appearing
squamous cells and polymorphs in a mucoid background
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suggestive of a benign infected
cystic lesion. A contrast enhanced
computed tomography scan also |
reported this as a ‘well-defined |
hypodense lesion’ approx. 31 cm
x 23cm, showing minimal post
contrast enhancement of 10-15
HU, suggestive of benign nature
of lesion (Fig 2).

Based on clinical and
radiological evaluation, patient
was planned for complete
surgical excision of this benign
palatal lesion. The lesion was
excised meticulously without
damaging macroscopically
uninvolved palatal musculature
and surgical site repaired
primarily to avoid any fistula
formation (Fig 3).
Histopathological examination of
this specimen reported it as an
adenocystic carcinoma with
positive tumour margins.

After discussing the nature of disease and possibility of
palatal defect following revision surgery with patient, she
agreed for complete surgical excision of the tumour. We
excised the palatal tissue taking adequate margins all
around the previous surgical site (Fig 4). Considering the
large size of the palatal defect intraoperatively, no attempts
of primary repair were made. HPE revealed uninvolved
margins all around the lesion; even the nearest positive
margin had a disease free distance of >10mm.

Later patient also received radiotherapy to further sterilize
the surgical site in an attempt to minimize the chances of
recurrence. Excision of carious teeth was advised by dental
surgeons prior to radiotherapy but _
patient denied for this. She |
developed trismus following
surgery and radiotherapy which
was dealt by active mouth
opening exercises. Prosthesis
was made to overcome the
difficulties caused by palatal defect
(Fig 5). She has been under our
follow up for past 3 years and is |
free of recurrence.

Discussion

ACCs usually arise in
intercalated ducts of the mucous
secreting glands from a cell type
which can differentiate in either
epithelial or in myoepithelial cells.
Owing to the cellular origin, these
tumours are mainly confined to
minor and major salivary glands
and mucous secreting glands of
respiratory tract'. Since these

Fig 3 — Post-operative
repaired surgical site
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Fig 1 — Showing preoperative palatal
swelling, marked by star

NO 07, JULY 2020

Fig 2 — Showing CT appearance of the
lesion marked by solid arrow

tumours have a slow indolent course, they
are seldom diagnosed early, more so when
the palatal is involved. As the palatal lesions are mostly
asymptomatic and appear as submucosal, smooth
surfaced swellings without having any overlying ulceration,
delayed diagnosis is not so uncommon. Besides this,
tumour histology also contributes in this diagnostic
confusion. The microscopic architectural patterns of this
tumour can show wide variations; individually these
variations might fail to suggest the malignant nature of the
lesion. FNACs and small incisional biopsies obtained away
from the true representing area, report inaccuracies in
diagnosis owing to this pleomorphism (a confusing feature
of these tumours). We hold these factors attributable to the
delayed presentation and the misdiagnosis
in our case. MRI has a role in describing the
soft tissue extension and perineural invasion

Fig 4 — Intraoperative photograph showing
completely resected tumour margins
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Fig 5 — Photograph showing palatal fistula

while CT helps in showing the bony involvement, besides
being important in surgical planning and follow up. ACCs
also appear as benign on CT unless the lesion ulcerate or
cause bony destruction, this also happened with our case
where radiology also suggested a possibility of benign
nature of the lesion. Detailed histopathological evaluation
of the excised specimen reported the lesion as ACC. While
searching for the optimal treatment modality for the tumour,
we found diverse opinions in literature. Possible treatment
options are surgery, radiotherapy and chemotherapy as a
single modality or combination of these. Surgery (wide local
excision along with adequate safety margins) was favored
by few authors'®'4, Others proposed combining the two, as
surgery or radiotherapy alone is not sufficient enough to
prevent disease recurrence and distant metastasis'®. Owing
to its slow growth rate, the response of ACCs towards
chemotherapy was not very convincing'®. After analyzing the
various prognostic factors like histopathological grade,
cervical lymphatic metastasis, surgical margins &
microscopic perineural invasion with respect to our case,
we discussed it with radiotherapy team in multidisciplinary
team meeting and decided to re-excise the tumour margins
and subject the patient for radiotherapy to sterilize the tumour
bed. After receiving this combined duel modality treatment,
patient is free of any recurrence even after 3 years.
CoNCLUSION

ACCs are very much capable of masquerading a benign
lesion because of its slow growth rate, indolent course,
asymptomatic presentation (most of the times) and cellular
pleomorphism leading to inaccurate histopathological
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diagnosis on FNAC or small punch biopsy. This calls for a
high index of suspicion for diagnosing these lesions. We
also recommend a low threshold for combined or duel
modality treatment (surgery along with radiotherapy), since
the tumour has recurrence potential.
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