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Introduction

In 1996, Smith et al.1 described
nine cases of patients with a histo-
logically distinct and previously
unreported lesion of the major
salivary glands. Eight of these
lesions were slow-growing masses
located in the parotid gland.
Histological characteristics
included sclerotic and hyalinised
collageneous tissue with hyper-
plastic ductal and acinar elements,
usually accompanied by ectatic
and cystic ducts. These ducts often
showed apocrine-like metaplasia
and epithelial hyperplasia, which
often formed cribriform-like
transluminal bridges. A lympho-
cytic infiltration, varying from
sparse to focally dense, was seen.
This histological image was anal-
ogous to benign fibrocystic dis-
ease of the breast.1,2 The presence
of apocrine, vacuolated, foamy
and sebaceous-like cells or “foam
cells”, also seen in benign lesions
of the breast, provided further
support for this statement.3 This
lesion was given the name “scle-
rosing polycystic adenosis”
(SPA).

Case report

A 55-year-old man was admitted
to our hospital with a small mass
in the right parotid region that had
been present for approximately
8 years, not changing in size. One
month earlier he had experienced
an inflammation of the mass with
pain and swelling; at that time he
contacted his general practitioner
who referred him to our hospital.
Upon physical examination in our
clinic, a firm and well-circum-
scribed, mobile – not connected to
the skin or underlying tissues –
lesion of less than 2 cm could be
palpated. Facial nerve function
was not impaired. No other abnor-
mal clinical findings were found
and the patient was in excellent
condition. Ultrasound examina-
tion showed a lesion that was
hypodense compared to normal
parotid tissue, with a regular mar-
gin, measuring 1.4 � 1.4 cm. No
pathologic lymph nodes were
seen. Magnetic Resonance
Imaging (MRI) showed the same
lesion anterior in the superficial
lobe of the parotid gland. On both
T1- and T2-weighted images it

was hypo-intense and slightly
inhomogenic. Because of the
hypo-intensity on T2-weighted
images a carcinoma could not be
excluded4 (Figure 1).

Fine Needle Aspiration
Cytology (FNAC) performed else-
where was non-conclusive three
times. Repeated cytology in our
centre showed several large
groups of epithelial cells with ani-
somorphic nuclei, surrounded by a
varying amount of cytoplasm, in
which granulation and vacuolisa-
tion were sometimes seen.
Primary salivary gland malignan-
cy, notably an acinic cell carcino-
ma, could not be excluded at first
presentation (Figures 2a,2b). A
partial superficial parotidectomy,
removing the lesion with a sur-
rounding margin of normal tissue,
was performed. The facial nerve
was spared.

Histological examination show-
ed a well-circumscribed tumour of
1.3 cm. Under the microscope,
sclerotic collageneous tissue was
seen, containing irregularly-
shaped tubular structures, lined
with different types of epithelium,
and macrophage foam cells. Initial
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histological diagnosis also indicat-
ed an acinic cell carcinoma. Since
the tumour was resected with nar-
row margins, our patient was to
receive additional radiotherapy.
However, after revision, the final
histological diagnosis was
changed into a radically removed
SPA (Figures 3a,3b) and our
patient was discharged from the
hospital without the need for addi-
tional therapy. Now, 18 months
after the operation, there are no
signs of recurrence of the tumour.

Discussion

About 70 to 80 percent of all sali-
vary gland neoplasms arise in the
parotid gland; 80 to 85 percent of
these are benign. The remainder
consists of many different types of
malignant tumours, posing a chal-
lenge for pathologists. Because of
the remarkable histological
heterogeneity, a specific cytologi-

cal diagnosis is difficult. The main
reason for performing FNAC is
therefore to differentiate between
benign and malignant tumours.
The ability of FNAC to do so is
high, with a reported accuracy
varying from 85% to 97%.5-10

MRI is often performed when a
malignancy is suspected. Signal
intensity in T2-weighted sequen-
ces, heterogeneity, indistinct mar-
gins and invasion of adjacent
structures are features that can
help to define the nature of a
parotid tumour. MRI is reported to
correctly differentiate between
benign and malignant tumours in
80 to 90% of cases.5,10,11 Since
malignancy cannot be excluded
with MRI, it is considered espe-
cially useful for establishing the
extent of the tumour into the deep
lobe, and for suspected infiltration
in case of malignancy or when
confronted with a suspicious, non-
mobile lesion.

Our case report describes an
interesting discordance between
initial clinical and diagnostic 
findings. The long-term clinical
history with no pain, no growth,
no facial nerve involvement and
no cervical adenopathy suggested
a benign lesion. MRI showed a
hypo-intense lesion on T2-weight-
ed images that was suggestive of
carcinoma,4 as was the solid
appearance of the mass at palpa-
tion. Cytology did not rule out
carcinoma either. Another case
report described a similar but
reversed discordance between
clinical and radiological evalua-
tion of a mass in the parotid
gland.12

Recent research by Zbaren et
al.13 comparing the effectiveness
of FNAC and frozen section (FS)
to diagnose malignancy showed
that FS was true-positive for
malignancy in 96% of the cases.
They concluded that FS could be
very useful when confronted with
a discordance between FNA and
radiological and clinical findings.
It could be argued that, when con-
fronted with a case like ours, it
would be wise to try to comple-
ment FNAC with frozen section
intra-operatively to optimise the
chance of a correct histological
diagnosis, resulting in adequate
treatment.

The final diagnosis, sclerosing
polycystic adenosis, is a relatively
unknown and newly described
diagnostic entity. So far, 37 cases
of SPA have been described.14

Only one of these showed ductal
dysplasia severe enough to be
considered carcinoma in situ.3 A
recently published article reported
on the follow-up of 16 cases of
SPA. With a mean follow-up of
8.5 years, only one patient devel-
oped two local recurrences,
approximately 6 and 19 years

Figure 1
T2–weighted MR image shows a hypo-intense, inhomogenic
lesion anterior in the superficial lobe of the parotid gland.
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after initial surgery.14 Taking into
consideration all 37 cases of SPA
described so far, it seems justified
to consider SPA as a disease with
a favourable outcome. This has
some therapeutic consequences.
Treatment of benign lesions does
not include additional radiothera-
py or neck dissection. Surgical
removal of the lesion with a mar-
gin of normal parotid gland tissue

constitutes sufficient treatment,
although there might be a minimal
tendency for recurrence of SPA.

We conclude that SPA is a rare
benign lesion that can be misinter-
preted as a malignancy in the pre-
operative work-up of a parotid
gland tumour. Our case report
demonstrates the importance of an
adequate histological confirma-
tion of the work-up diagnosis.

References

1. Smith BC, Ellis GL, Slater LJ,
Foss RD. Sclerosing polycystic
adenosis of major salivary glands. A
clinicopathologic analysis of nine
cases. Am J Surg Pathol. 1996;20:
161-170.

2. Donath K, Seifert G. Sclerosing
polycystic sialadenopathy. A rare
non-tumorous disease [in
German]. Pathologe. 1997;18:368-
373.

Figure 2a
Low-power view of FNAC of the lesion inside the parotid
gland shows a large epithelial cell group without fat cells.

Figure 2b
High-power view of FNAC of the lesion demonstrates cells
characterised by a large amount of slightly granular cytoplasm,
which is highly suggestive of acinic cell origin.

Figure 3a
Low-power view of the well-circumscribed tumour inside the
parotid gland. It reveals crowding of cystic glandular structures
and fibrosis (bottom). Preexistent normal parotid tissue in the
left lower corner.

Figure 3b
High-power view demonstrates in detail the irregular shape
and size of the crowded glandular component and the fibro-
blastic proliferation.
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