
tumourigenesis of such lesions. In the
present case, no manifestations of immu-
nodeficiency were observed. Furthermore,
HHV-8 was only detectable in KS cells.
Therefore, the concurrent occurrence of the
two neoplastic components seemed more
likely coincidental rather than aetiologically
related. Clinically, chemotherapy with
radiotherapy seems a promising way for the
treatment of such cases, and the ABVD
regimen looks like a proper choice.
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Keratocystoma of the parotid
gland: case report and
immunohistochemical
investigation
Keratocystoma of the parotid gland was first
defined and reported as an unusual patho-
logical entity in 2002.1 It was not listed as an
independent pathological entity in the
revised World Health Organization (WHO)
classification of salivary gland tumours

published in 2005.2 Recently, the designation
of keratocystoma of the parotid gland was
introduced as a newly recognised diagnosis.3

Here, we present a case of a benign tumour
of the parotid gland diagnosed as a kerato-
cystoma.

CASE REPORT
A 37-year-old man presented with a painless
circumscribed nodule that had been gradu-
ally enlarging in the left parotid gland area
for six years. No cervical lymphadenopathy
was detected. A subtotal parotidectomy was
performed and a tumour was excised. No
tumour recurrence was observed 18 months
after the surgery.

Grossly, the tumour was completely
circumscribed within the parotid gland,
measuring 20318315 mm in size. The cut
surface revealed multilocular cystic spaces.
No bleeding or necrosis was detected in the
tumour.

Histologically, the tumour consisted
mainly of multiple cystic formations lined
with stratified squamous epithelium lacking
a granular layer, but containing keratin
material and calcification (figure 1). There
was no evidence of cytological atypia or
abnormal mitotic activity in the epithelium.
No tubules, duct-like glandular structures, or
sebaceous differentiation were observed. No
evidence of skin appendages was found
beneath the epithelium. The stroma of the
tumour was predominantly a dense

Figure 1 H&E stained sections showing the keratocystoma morphology. (A) Characteristic tumour view consisting of variably sized and shaped
cystic lesions filled with lamellar keratin material and calcification (320). (B) The stroma of the tumour showing predominantly a dense lymphoid
element (3100). (C) The stratified squamous epithelium lacking a granular layer filled with lamellar keratin material (3200). (D) Solid squamous cell
islands exhibiting uniform, bland nuclei and abundant eosinophilic cytoplasm (3400).
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lymphoid element. The tumour cells stained
negatively with periodic acid-Schiff (PAS)
and Alcian blue.

By immunohistochemistry, the tumour
cells were diffusely positive for cytokeratins
AE1/AE3 and 5/6, focally positive for cyto-
keratin 7, and stained strongly for p63, but
weakly for p53 (figure 2). The basal cells of
the stratified epithelium were partially
positive for cytokeratin 19. The tumour cells
were completely negative for cytokeratins 8/
18 and 20. Less than 1% of all tumour cells
were Ki-67 positive.

DISCUSSION
Keratocystoma is a rare benign tumour of
salivary gland origin whose nomenclature
remains to be confirmed. To the best of our
knowledge, only four cases, including the
present case, have been reported in the
English literature.1e4

This type of tumour needs to be differen-
tially diagnosed with several tumours of the
parotid gland containing squamous cells,
including primary and metastatic squamous
cell carcinomas, mucoepidermoid carcinoma,
squamous metaplasia in certain benign
neoplasias and conditions, and cysts.1 In this
case there is no evidence of cytological atypia
or abnormal mitotic activity in the squamous
cell, which is different from squamous cell
carcinoma. The absence of incorporated
mucous cells by the mucicarmine stain
(Alcian blue) and the presence of marked
keratinisation are important for separating
this tumour from mucoepidermoid carci-
noma. The histology of the tumour is

different from Warthin’s tumour, which
presents with cystic spaces surrounded by
two uniform rows of cells with centrally
placed pyknotic nuclei. The first banchial cleft
cyst can involve the parotid gland. The cystic
spaces are usually lined with squamous
epithelium with keratin material filling the
lumen, but pseudo-stratified columnar
epithelium can also be seen. Sebaceous
lymphadenoma and non-sebaceous lympha-
denoma of the parotid gland need to be
excluded. Overexpression of p63 and p53 in
the tumour support neoplastic proliferation.
We believe that this type of tumour is a true
benign cystic neoplasm, not a christoma or
trichoadenoma, based on its morphological
and immunohistochemical findings.
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Take-home messages

< A rare case of a benign tumour of the
parotid gland, presenting as a kerato-
cystoma, is described.

< It is believed that only four cases,
including the present case, have been
reported in the English literature.

< Histologically, the tumour consisted
mainly of variably sized and shaped
cystic lesions filled with lamellar
keratin material and calcification.

< By immunohistochemistry, the tumour
cells were positive for cytokeratins,
p63 and p53.

This paper is freely available online under the BMJ
Journals unlocked scheme, see http://jcp.bmj.com/site/
about/unlocked.xhtml

J Clin Pathol August 2010 Vol 63 No 8 759

PostScript

 on M
ay 22, 2023 by guest. P

rotected by copyright.
http://jcp.bm

j.com
/

J C
lin P

athol: first published as 10.1136/jcp.2010.076521 on 11 A
ugust 2010. D

ow
nloaded from

 

http://jcp.bmj.com/


unusual pathologic entity. Mod Pathol
2002;15:1005e10.

2. Barnes L, Eveson JW, Reichart P, et al. Pathology and
genetics of head and neck tumours. World Health
Organization Classification of Tumours. Lyon: IARC
Press, 2005.

3. Cheuk W, Chan JK. Advances in salivary gland
pathology. Histopathology 2007;51:1e20.

4. Seifert G, Donath K, Jautzke G. Unusual choristoma of
the parotid gland in a girl. A possible trichoadenoma.
Virchows Arch 1999;434:355e9.

BOOK REVIEW

Biopsy interpretation of the
thyroid
Edited by Scott L Boerner, Sylvia L Asa. Published by
Lippincott Williams and Wilkins, Philadelphia, Pennsylvania,
USA, 2009, pp 288, hardback, £100, ISBN: 978-
0781772044.

This represents another offering from the
excellent Biopsy Interpretation series that
covers most organs.

This is a superb book organised into 13
chapters spanning the normal thyroid gland
and covering various morphological/pattern-
based entities that the surgical pathologist
is likely to encounter. The index is functional
and user friendly. The integration of fine
needle aspiration cytology with histological
interpretation is a particular strength;
one that has been interweaved rather seam-
lessly. The text is written in a clear, concise,
lucid style. The authors state their opinions
and feelings about the more controversial
areas in thyroid pathology quite plainly
and unequivocally. The comments and
diagnostic criteria are well set out and leave
the reader in no doubt how to interpret
what they may encounter in histological
sections and as well as with cytological
preparations.

I used it as a bench book beside my micro-
scope and was thrilled to see as much as three
illustrations of the rather uncommon
lymphoepithelial cyst of the thyroid!

The illustrations are magnificent
throughout and for this the authors should
be complimented. The book illustrations are
supplemented by electronic images.

In summary, this book blends fine needle
aspiration cytology findings with the histo-
logical appearances in a cogent, clear and
authoritative fashion. I would thoroughly
recommend every pathologist and trainee
who encounters thyroid pathology to read
this book, and have it within easy access of
your microscope.
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