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Abstract Adenomyoepithelioma is a mixed epitheliagjinical history
and myoepithelial tumour. In rare cases adenomyoepi-
theliomas give rise to carcinomas with epithelial, my@-36-year-old woman with no relevant medical antecedents pre-
epithelial, or mixed epithelial and myoepithelial differergented with a juxta-areolar painless small nodule in the right

ot ; i ; ; ; east. The clinical features were suggestive for a fiboroadenoma.
tiation. Carcinomas arising in adenomyoepithelio excision biopsy was performed. As the lesion was only mar-

range from low grade to high grade, and 15 cases hg¥lly excised, a moderate reexcision was recommended. Clinical
been reported in the literature. We describe a 36-year-eldmination did not give any indication of metastases. The patient

woman with a very rare adenoid cystic carcinoma arisigigpwed no evidence of recurrence 1 year postoperatively.
in a tubular adenomyoepithelioma. The histogenesis of

carcinoma arising in an adenomyoepithelioma is dis -
cussed. Materials and methods

. . . The specimen was fixed in 10% buffered formalin, routinely pro-
Key words Breast - Adenomyoepithelioma - Adenoid cessed and paraffin embedded. Paraffin sections were stained with
cystic carcinom:: haematoxylin and eosin, and for cytokeratin (KL1; Immunotech,
Marseille, France; monoclonal antibody, 1:75), alpha-smooth mus-
cle actin (Sigma, St. Louis, Mo.; monoclonal antibody, 1:200), and
" S100 protein (Dako, Glostrup, Denmark; polyclonal antibody,
Introduction 1:500) using a three-step indirect immunoperoxidase procedure.

Adenomyoepithelioma is a solitary tumour that shows
prominent proliferation of myoepithelium with admixedathological findings

epithelial elements [9]. The occurrence of this tumour in

the breast was described and illustrated for the first tiMike excision biopsy measured 1.5x1.5x1.3 cm and
by Hamperl in 1970 [5]. On the basis of their growth pathowed a nodular, solid, white lesion with a diameter of
tern or cell type, adenomyoepitheliomas can be divide® cm. The lesion was well circumscribed and surround-
into three categories: tubular, spindle-cell and lobulated by a thick fibrotic capsule (Fig. 1a). It consisted of ir-
variants [9]. They are considered to be benign or lovegular glandular structures with small lumina lined by
grade malignant lesions, with local recurrences in somne inner epithelial layer and an outer hyperplastic myo-
cases [6]. Very rare adenomyoepitheliomas are maligpithelial cell layer (Fig. 2a). The epithelial cells were
nant de novo and retain a biphasic tubular pattern in th&iboidal and had a moderately abundant eosinophilic cy-
metastases [6, 11]. Carcinoma arising in an adenomysplasm; the myoepithelial cells were cuboidal or poly-
epithelioma of the breast is rare. Fifteen cases have bleetiral and had some clear or slightly eosinophilic cyto-
reported [1-3, 7, 10, 12]. We report a very rare adengigism. Cell nuclei were round to oval and bland in both
cystic carcinoma arising in a tubular adenomyoepithelieamponents. Small nucleoli were often present. In the
ma. haematoxylin and eosin sections it was not always possi-
ble to distinguish clearly between the epithelial and
myoepithelial cells. In many glandular structures the hy-
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Fig. 1 a The tulular adenomoepithelioma is vell-circumscibed layer and a fiperplastic outer moepithelial cell layer. In some
glandular stuctures the lumina & compessed b the nyoepithe-

and surounded B a thidk fibrotic cgpsule A focus of adenoid

cystic cacinoma & the edg of the lesion peneties the cpsule lial layer. b The adenoid ystic cacinoma component sk ciib-
(arrows). b Higher manification of the adenoidystic cacinoma riform and tulblar stuctures. The cibriform stiuctures ae puncta
penetating the casule ted by pseudolumina with basement-membe-like maernal (ar-
Fig. 2 a The adenomoepithelioma consists of iegular glandular rowheads and lumina with racoid secetory maerial (arrows)
structures with small luminagrrows) lined by an inner pithelial



Fig. 3 a Staining br cytokeratin is stong in the githelial cell
layer, but very weak in the moepithelial layer. b The outer myo-
epithelial cell layer stains ér alpha smooth osde actir

At one edg a bcus of adenoid ystic cacinoma
arose fom the tullar adenomoepithelioma (kg. 1a, b).

adenosquamous @anoma [3, 12] (6 cases), unidifen
tiated (sacomaoid) cacinoma [3, 7] (4 cases), yoepi-
thelial cacinoma [1, 2, 10] (malignant yoepithelioma;
3 cases), adeno@noma [10] (1 case), and adenoid
cystic cacinoma [10] (1 case). We-grade adenosqua
mous cacinoma (LGASC) is the mostdquenty report-

ed cacinoma aising in an adenowoepithelioma; \an

The adenoid ystic cacinoma component had a diametdfoeven et al. [12] and ¢Sdini et al. [3] eah reported 3

of 0.3cm and peidrated the ibrotic cgsule It consisted
of cribriform and tulblar stuctures, composed of dar
basaloid (ngoepithelial) cells and slighyl larger ductal
(epithelial) cells with an eosinophilic ytoplasm
(Fig. 2b). The cibriform stuctures were punctéed by

spacesified with basement-memane-like mderial (hy-

aline bodies) and otoid secetoly material. Perineural

invasion vas not seen.

Immunohistotiemically, the eithelial cells in the ad
enonyoepithelioma eacted stingly for coytokeratin
(Fig. 3a). The nyoepithelial cells stained o alpha-
smooth nusde actin (kg. 3b) and S100 ptein; staining
for gytokeratin was \ery weak. The adenoid ystic caci-
noma component sh@d a similar staining pem, with
srong positvity for cytokeratin in the @ithelial cells and
positvity for alpha smooth osde actin, S100 mtein,
and gtokeratin (weak) in the mpoepithelial cells.

Discussion

Fifteen cases of cainoma aising in an adenogoepi-
thelioma hae been eported in the liteature [1-3, 7, 10,
12]. These carinomas were dassiied as lov-grade

cases. LGASC of the bast, irst desdbed by Rosen
and Ensbeger [8] in 1987, is an uncommonreli-differ-
entided mammar neoplasm composed of glandular
structures with \ariable amounts of gidermoid differen
tiation, proliferating in a bakground of dense coltge-
nous stoma in a pHem reminiscent of syngomas.
Clinical behaiour of LGASC is indolent, tot locally ag-
ressve. The second mostdguenty reported cacinoma
afising in an adenogoepithelioma is savomaoid caci-
noma [3, 7]. It is a hightgde (undiferentiged) cacino-
ma tha consists of a mliferation of aypical spindle
cells without imnunohistotbiemical (or electn micio-
scopic) kaures of nyoepithelial differentigion. Three
cases of ypoepithelial cacinomas asing in an adeno
myoepithelioma hae been eported [1, 2, 10]. fe le
sions vere composed of spindle cells with immmohiste
chemical and/or eleadn micioscopic éaures of nyo-
epithelial cells [2, 10]. Tie pdient in Chers report [2]
died of metastic diseaseThe second and thircase in
Tavassolis seres [10] were an adenocainoma and an
adenoid gstic cacinoma aising in an adenoyoepithe-
lioma. The adenocainoma vas intepreted as a high-
grade adenocamoma. he lesion was conined to the
boundaies of the adenoyoepithelioma. TBvassolis
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case of adenoidystic cacinoma aising in an adeno maly adenomgoepitheliomas and adenoig/stic cacino-
myoepithelioma \ery much resemlies our evn case The mas, completexeision with a magin of uninvolved tis
adenoid gstic cacinoma vas small and coirfed to the sue is theecommended ¢é@ment [10].

peiipherl aspect of the lesion.h& adenoryoepithelio-
ma, havever, was a loblated \ariant.

The histgenesis of carinoma & adenonyoepithe- References
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