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Abstract

patient was satisfied with the results.

treatment have had good short term results.
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Introduction: Phyllodes tumor (PT) is not a common phenomenon and its coexistence with ductal carcinoma in situ (DCIS) is
extremely rare. A few of these cases have been reported in the literatures.

Case Presentation: We report a case of PT that a DCIS tumor has arisen from its epithelial component in a 26 year-old woman. The
patient was referred to a surgeon with a palpable mass in her left breast. Ultrasonography failed to distinguish between fibroade-
noma and PT. Excisional biopsy was performed for her and after pathologic study, the above - mentioned diagnosis was reported.
Histologically stroma showed moderate cellularity with few mitoses. The epithelial component consisted of foci of ductal hyperpla-
sia with comedo necrosis. After consultation with oncologists, simple mastectomy and reconstruction was performed for her. The

Conclusions: Diagnosis of DCIS within a PT before surgery is impossible and pathologist should confirm it. Different plans for their

1. Introduction

At present 15% to 30% of the cancers detected in mam-
mography screening programs are DCIS, and the greatest
increase in the incidence of DCIS has been seen in women
aged 49 to 69 years. PT is an uncommon tumor of female
breast and the average age at diagnosis is in the fourth
decade. Phyllodes tumors are classified as benign, border-
line, or malignant based on the nature of the tumor mar-
gins (pushing or infiltrative), presence of cellular atypia,
mitotic activity, and over growth in the stroma. Clini-
cally, phyllodes tumors are smooth, round, usually pain-
less multinodular lesions that may be indistinguishable
from fibroadenomas (1). PT, like fibroadenoma, arises from
intralobular stroma. These lesions often have bulbous pro-
trusions (phyllodesis Greek for leaf like) due to the pres-
ence of nodules of proliferating stroma covered by epithe-
lium. Low grade lesions may contain mitotic images. High
grade lesions may be difficult to distinguish from other
soft tissue sarcomas and may have foci of mesenchymal dif-
ferentiation (2).

Coexistence of PT and ductal carcinoma are extremely
rare: often epithelial malignant lesion is invasive and DCIS
is very unusual (3).

In this report, we have malignant alteration of epithe-
lial component of PT in a 26 -year-old woman that is a rare
phenomenon.

2. Case Report

A 26 -year-old woman presented with a 2-cm nodule
withoutany nipple changes and discharge. At first, she had
noticed it about 3 months earlier. The tumor grew slowly
over 3 months and then she visited a surgeon. Her family
history was negative about existence of cancer in first and
second degree relatives. On physical examination, the tu-
mor did not have any adhesion to the skin and there was no
palpable lymph node in the axillary or supraclavicular re-
gion. Ultrasound imaging showed a hypo echo mass, 26 X
28 X 32 mm in size, in the outer half of the left breast with
regular border with clinical diagnosis of fibroadenoma. Af-
ter 3 months, she visited her doctor again. Ultrasonogra-
phy of the left breast mass was showinga30 X 34 X 40 mm
mass in 3 o’clock site with lobulated border and with re-
gard to the increasing size and vascularity, biopsy was rec-
ommended. Excisional biopsy was performed and patho-
logic diagnosis of DCIS in benign PT was reported. After on-
cologic consultation considering both options of BCS and
simple mastectomy, she selected simple mastectomy and
reconstruction (Figure 1).

2.1. Pathological Findings

Grossly, the mass consisted of a cream relatively well
circumscribed multilobulated mass measuring 4.5 X 3 X 3
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Figure 1. Ultrasonography of the Left Breast Nodule Showing Hypoechoic Heteroge-
neous Solid Mass with Regular Borders

cm. Cut surface was solid, gray white with cleft like spaces
at periphery.

Histopathological examination demonstrated sec-
tions from breast mass that revealed biphasic neoplasm
composed of both stromal and epithelial components.
A moderately hyper-cellular stroma composed of spin-
dle cells with mild to moderate pleomorphism and few
mitotic activities (1-2/HPF) embedded in loose connective
tissue were seen. Epithelial component represented foci
of ductal hyperplasia, in solid, clinging and irregular
cirbriform, with foci of central necrosis in few tubules.
Epitelial cells showed moderate to severe pleomorphism,
hyperchromatic nuclei, and atypical mitotic images. There
was not any invasion. The final diagnosis was high grade
(comedocarcinoma) DCIS of breast in benign PT (Figure 2).

3. Discussion

PT is a rare disease that is classified into benign, bor-
derline, and high grade malignant tumors. The distinction
among these three subgroups is based on the combination
of histological characteristics of the tumors and also it is
predictive of the probable clinical course (4).

The epithelial component of PT may show changes
ranging from hyperplasia to invasive carcinoma. Sawyer
et al. showed hyperplasia in the epithelial component of

PT in 60%, and a moderate to strong overexpression of cy-
clin D1in 46% of cases (5). Cyclin D1 is frequently overex-
pressed in breast cancer and DCIS (6, 7) but not in atypical
ductal hyperplasia and other benign breast diseases. So it
was unexpected to find such expression in the epithelium
of benign tumors (8, 9).

As it was mentioned before, the median age of occur-
rence of phyllodes tumor is 40 - 50 years, and also duc-
tal carcinoma in situ arising in phyllodes tumor is a rare
situation, so our patient aged 26 years old was one of the
youngest cases of benign PT with an arising DCIS in it that
we have seen in documented literature.

According to a survey in literature, only one younger
case of 19 years of age with DCIS arising in benign PT of
breast has been reported before (10). Parfitt et al. reported
a 26-year-old woman presented with a left breast mass and
palpable lymph nodes in the left axilla. The pathologic
study showed extensive high grade DCIS and invasive car-
cinoma of no special type, entirely located within the phyl-
lodes tumor that subsequent axillary lymph node dissec-
tion revealed metastatic carcinoma (11).

Recently a case of PT with DCIS in a 42-year-old woman
was reported from India (12). Yamaguchi et al. reported a
54- year- old postmenopausal woman with DCIS arising in
benign PT with rapid overgrowth to 18 X 17 X 13 cm in size
during 1year. Simple mastectomy was done for her and ta-
moxifen was prescribed and after 1year, she had remained
well (3).

Nio et al. reported another case with DCIS and PT in a
53-year-old female who received alocal excision with a mar-
gin of 1 cm from the tumor edge, and because of multiple
recurrence of PT local irradiation at a total dose of 50 Gy
was prescribed (13).

We managed our patient with simple mastectomy and
reconstruction. Different types of managements have
been performed for benign PT with DCIS. Local manage-
ments include simple mastectomy or partial mastectomy
with or without adjuvant radiotherapy. Endocrine therapy
with tamoxifen depending on the estrogen/progesterone
receptors status of DCIS component has been recom-
mended by some authors. According to the literature, it
seems there is notany preferred management for this com-
bined lesion because of its rarity and common treatment
approach is on the basis of surgeon and patient decision.
All mentioned ways have satisfactory results in the short
term run; however, more investigation on long term out-
comes is necessary.

Diagnosis of DCIS within a PT before surgery is impossi-
ble. Pathologist should be aware of the possibility of exis-
tence of carcinoma within a PT even in young people like
our patient and investigate malignancy in the epithelial
component like stroma.
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Figure 2. A, a Microscopic View of the phyllodes Tumor with Cleft Like Epithelial and Benign Stromal Proliferation (HEx400); B, The Epithelial Component of the Phyllodes Tu-
mor Showed Foci of Atypical Ductal Hyperplasia - DCIS (HEx100); C, A Microscopic View of Phyllodes Tumor with DCIS and Intraductal Atypical Cells (IHCx400); D, A Microscopic

View of Phyllodes Tumor with DCIS (H&Ex1000).

We reported this case after obtaining her witten con- 3.

sent.

Footnotes

Authors’ Contributions: None Declared.
Conflict of Interest: We have no competing interests.
Financial Disclosure: None Declared.

References

1. Libutti SK, Saltz LB, Willett CG. Malignant Tumors of The Breast. In: De-
vita VT, Lawrence TS, Rosenberg SA, editors. Cancer Principles & Prac-
tice of Oncology. PHiladelpHia: Wolters Kluwer Health; 2015. pp. 1117~

52.

2. Lester SC. The Breast. In: Kumar V, Abbas AK, Aster JC, editors. Patho-
logic Basis of Disease. PHiladelphia: Elsevier Saunders; 2015. pp.1065-

95.

Iran ] Cancer Prev. 2017;10(1):e5376.

Yamaguchi R, Tanaka M, Kishimoto Y, Ohkuma K, Ishida M, Kojiro M.
Ductal carcinoma in situ arising in a benign phyllodes tumor: report
of a case. Surg Today. 2008;38(1):42-5. doi: 10.1007/s00595-007-3562-0.
[PubMed: 18085361].

. Rosen PP. Fibroepithelial neoplasms. In: Rosen PP, editor. Rosen’s

Breast Pathology. Philadelphia: Lippincott Williams & Wilkins; 2009.
pp. 188-229.

. Sawyer EJ, Hanby AM, Rowan AJ, Gillett CE, Thomas RE, Poulsom R, et

al. The Wnt pathway, epithelial-stromal interactions, and malignant
progression in phyllodes tumours. ] Pathol. 2002;196(4):437-44. doi:
10.1002/path.1067. [PubMed: 11920740].

. Zhu XL, Hartwick W, Rohan T, Kandel R. Cyclin D1 gene amplifica-

tion and protein expression in benign breast disease and breast car-
cinoma. Mod Pathol. 1998;11(11):1082-8. [PubMed: 9831206].

. Utsumi T, Yoshimura N, Maruta M, Takeuchi S, Ando ], Mizoguchi Y,

et al. Correlation of cyclin D1 MRNA levels with clinico-pathological
parameters and clinical outcome in human breast carcinomas. Int |
Cancer. 2000;89(1):39-43. [PubMed: 10719729].

. Gillett CE, Lee AH, Millis RR, Barnes DM. Cyclin D1 and associated

proteins in mammary ductal carcinoma in situ and atypical ductal
hyperplasia. | Pathol. 1998;184(4):396-400. doi: 10.1002/(SICI)1096-
9896(199804)184:4<396::AID-PATH1259>3.0.CO;2-G. [PubMed:
9664905].


http://dx.doi.org/10.1007/s00595-007-3562-0
http://www.ncbi.nlm.nih.gov/pubmed/18085361
http://dx.doi.org/10.1002/path.1067
http://www.ncbi.nlm.nih.gov/pubmed/11920740
http://www.ncbi.nlm.nih.gov/pubmed/9831206
http://www.ncbi.nlm.nih.gov/pubmed/10719729
http://dx.doi.org/10.1002/(SICI)1096-9896(199804)184:4<396::AID-PATH1259>3.0.CO;2-G
http://dx.doi.org/10.1002/(SICI)1096-9896(199804)184:4<396::AID-PATH1259>3.0.CO;2-G
http://www.ncbi.nlm.nih.gov/pubmed/9664905
http://ijcancerprevention.com/

SalekRet al.

9.

10.

11.

Umekita Y, Yoshida H. Cyclin D1 expression in ductal carcinoma in
situ, atypical ductal hyperplasia and usual ductal hyperplasia: an im-
munohistochemical study. Pathol Int. 2000;50(7):527-30. [PubMed:
10886733].

Colakoglu MK, Yenidogan E, Akgul GG, Irkkan SC, Ozdemir Y, Gulcelik
MA, etal. In Situ Ductal Carcinoma Arising in Benign Phyllodes Tumor
in19-Year Old Patient: A Case Report. ] Breast Health. 2014;10(4):239-41.
doi: 10.5152/tjbh.2013.1758.

Parfitt JR, Armstrong C, O'Malley F, Ross ], Tuck AB. In-situ and inva-
sive carcinoma within a phyllodes tumor associated with lymph node

12.

13.

metastases. World | Surg Oncol. 2004;2:46. doi: 10.1186/1477-7819-2-46.
[PubMed: 15601470].

Ghosh P, Saha K. Ductal carcinoma in situ in a benign phyllodes tu-
mor of breast: A rare presentation. ] Nat Sci Biol Med. 2014;5(2):470-2.
doi: 10.4103/0976-9668.136261. [PubMed: 25097439].

Nio Y, Iguchi C, Tsuboi K, Maruyama R. Ductal carcinoma in situ aris-
ing within a benign phyllodes tumor: A case report with a review
of the literature. Oncol Lett. 2011;2(2):223-8. doi: 10.3892/01.2010.226.
[PubMed: 22866068].

Iran ] Cancer Prev. 2017;10(1):e5376.


http://www.ncbi.nlm.nih.gov/pubmed/10886733
http://dx.doi.org/10.5152/tjbh.2013.1758
http://dx.doi.org/10.1186/1477-7819-2-46
http://www.ncbi.nlm.nih.gov/pubmed/15601470
http://dx.doi.org/10.4103/0976-9668.136261
http://www.ncbi.nlm.nih.gov/pubmed/25097439
http://dx.doi.org/10.3892/ol.2010.226
http://www.ncbi.nlm.nih.gov/pubmed/22866068
http://ijcancerprevention.com/

	Abstract
	1. Introduction
	2. Case Report
	Figure 1
	2.1. Pathological Findings
	Figure 2


	3. Discussion
	Footnotes
	Authors' Contributions
	Conflict of Interest
	Financial Disclosure

	References

