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Abstract

Mammary hamartoma is uncommon typically non-malignant benign breast lesion, comprising varying amounts
of fatty, fibrous connective tissue and glandular elements. The co-existence of hamartomas and malignancy is very
rare and it has no special propensity to undergo malignant transformation. We present a case report of a 66-year-
old patient diagnosed with Inflammatory Breast Carcinoma within a previously diagnosed mammary hamartoma
in the right breast. The comprehensive work up with mammaography, ultrasound, Positron Emission Tomography
— Computed Tomography (PET-CT) and ultrasound-guided biopsy confirmed invasive ductal carcinoma within
the hamartoma. Although malignancy arising within hamartoma is an extremely rare entity, the radiologist should
be aware and prudent of the atypical as well as suspicious features within hamartoma during interpretation of
imaging modalities and should thoroughly investigate any architectural distortion or microcalcifications within an
otherwise typical hamartoma. No case has been reported for inflammatory breast carcinoma in mammary

hamartoma as per our best of knowledge.
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Introduction

Mammary hamartoma, also known as fibroadenolipoma is uncommon
typically non-malignant benign breast lesion, comprising varying
amounts of fatty, fibrous connective tissue and glandular elements. The
first reported case of mammary hamartoma was in 1971 by Arrigoni et al.
who described it as a well circumscribed lesions comprising varying
amount of benign fat and fibro glandular tissue [1]. The typical benign
features are described subsequently on mammography [2], ultrasound [3],
and MRI [4]. The co-existence of hamartomas and malignancy is very
rare and it has no special propensity to undergo malignant transformation.
Very few cases of malignancy in mammary hamartoma have been
reported previously in the literature [5-9]. No case has been reported for
inflammatory breast carcinoma in mammary hamartoma as per our best
of knowledge.

We present a case report of a 66-year-old patient diagnosed with
Inflammatory Breast Carcinoma within a previously diagnosed mammary
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hamartoma in the right breast. The comprehensive work up with
mammography, ultrasound, Positron Emission Tomography — Computed
Tomography (PET-CT) and ultrasound-guided biopsy confirmed
invasive ductal carcinoma within the hamartoma. This case report
illustrates the importance of atypical and suspicious radiological findings
in otherwise typical hamartoma that may help in the diagnosis of
malignancy.

Case Presentation

A 66-year-old female patient was presented in our outpatient department
with history of increase in the size of previously documented lump in right
breast for 10-15 days. The patient had a history of swelling in right breast
for 20 years, and it was diagnosed as hamartoma on previous ultrasound
and mammography. The patient was non-alcoholic and non-smoker. The
patient was hypertensive and had history of ischemic heart disease and
hypothyroidism. The patient had a positive family history for breast
cancer in three siblings and one sister with no history of breast cancer died
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of non-cancerous pathology at 35 years of age. Clinically the right breast
was red and swollen with diffuse erythema and edema (peau d’orange)
involving more than a third of the skin of the breast with retraction of
nipple. However, the breast was non-tender. Two lymph nodes were
palpable in right axillary region and they were hard.

Based on her present history & positive family history as well as clinical
examination, she was referred to radiology department for mammography
and ultrasound to rule out malignancy.

Mammography was performed with standard Mediolateral Oblique
(MLO) and Cranio-Caudal (CC) view and supplemented with spot
magnification view of mass and microcalcifications (Figure 1). It revealed
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overall increase in density and trabecular thickening of right breast with
architectural distortion and diffuse skin thickening as well as mild nipple
retraction. A well-circumscribed lesion, showing mixed fibro-glandular
tissue was seen in right breast, which was giving breast within breast
appearance, suggestive of hamartoma. In addition to hamartoma, an ill-
defined iso to high density lesion with indistinct margins and mild
architectural distortion was also seen within the hamartoma. Moreover,
multiple fine pleomorphic microcalcifications were seen in segmental
distribution in outer lower quadrant within the hamartoma on spot
magnification view. Enlarged dense lymph nodes with loss of fatty hilum
were present in right axillary region.

SPOT-MAGNIFICATION

Figure 1: Mammography of right breast (MLO; CC and Spot Magnification views): Overall increase in density, trabecular thickening with
architectural distortion and diffuse skin thickening as well as mild nipple retraction are seen in right breast. A well-circumscribed lesion, showing
mixed fibro-glandular tissue is also seen (breast within breast appearance), suggestive of hamartoma. In addition to hamartoma, an ill-defined iso to
high-density lesion with indistinct margins and mild architectural distortion is seen within hamartoma. Moreover, multiple fine pleomorphic
microcalcifications are noted in segmental distribution on spot magnification view. Enlarged dense lymph nodes with loss of fatty hilum are present
in right axillary region.

On ultrasound (Figure 2), a well-defined and well-circumscribed area of
fibro-glandular tissue same as rest of breast parenchyma was seen in outer
quadrant of right breast (Figure 3A). Within this area, poorly appreciated,
an ill-defined hypoechoic lesion was noted, which was associated with
architectural distortion (Figure 3B), and diffuse overlying skin thickening

involving more than 1/3 of breast. Two well-defined sub-centimeter
sized skin nodules were also noted in lower outer quadrant. Few enlarged
round and oval shaped hypoechoic lymph nodes were also present in right
axillary and infra-clavicular region.

Figure 2: Ultrasound of right breast lump: A well-defined and well-circumscribed area of fibro-glandular tissue same as rest of breast parenchyma,
suggestive of hamartoma and highlighted by arrowheads is seen in A. Within this area, poorly appreciated, an ill-defined hypoechoic lesion is shown
in B, shown in circle. Post-fire image with the needle inside the mass, indicated by the arrow in C.

Based on clinical, mammography and ultrasonography findings, the
patient was classified as Inflammatory Breast Carcinoma, Breast Imaging
Reporting and Data System (BI-RADS) V. The patient underwent
ultrasound guided tru-cut biopsy (Figure 3C) for grading characterization
and immunohistochemical markers. On histopathology (Figure 4), the
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patient was confirmed with invasive ductal carcinoma of histological
grade Il and was negative for Estrogen, Progesterone and Human
Epidermal Growth Factor Receptor 2 (HER2) immunohistochemical
markers.
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Figure 3: PET-CT scan - Axial Computed Tomography (CT) image: Image A confirmed a well-defined encapsulated mixed fibro glandular tissue
with breast within breast appearance, suggestive of hamartoma. Within the hamartoma, an irregular shaped soft tissue density lesion and clumped
soft calcification are seen separately. PET-CT image in B showed two heterogeneously enhancing hyper-metabolic soft tissue lesions within
hamartoma showing intense FDG uptake with SUVmax of 12.8. Two hypermetabolic skin nodules were also confirmed. Few heterogeneously
enhancing hypermetabolic lymph nodes were present in right axilla at level I, 1l and Illa.
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Figure 4: Histopathology specimen confirms the Invasive Ductal Carcinoma.

PET-CT (Figure 3) was done for staging, which shows mild increased
uptake in entire right breast (as compared to left breast) with diffuse
overlying skin thickening (more than 1/3" of the skin of the breast) and
nipple retraction. It also confirmed a well-defined encapsulated fibro
glandular tissue same as breast with classical appearance of “Breast
within Breast”, suggestive of breast hamartoma (Figure 3A). Within this
lesion, two heterogeneously enhancing hyper-metabolic soft tissue
lesions were noted, measuring 4.2 x 3.8 x 2.1 cmand 4.1 x 2.9 x 2.5 cm
showing intense Fluorodeoxyglucose (FDG) uptake with the maximum
standardized uptake value (SUVmax) of 12.8. Two hypermetabolic skin
nodules were also confirmed. Few heterogeneously enhancing
hypermetabolic lymph nodes were present in right axilla at level I, 1l and
Ila (Figure 3B). The clinical Tumor-Node-Metastasis (cTNM) scoring
system classified as ¢T4 (m) N3MO (m-modifier), that corresponds to
stage Illc according to 8" edition of American Joint Committee on Cancer
(AJCC) staging system. The patient refused for genetic testing for Breast
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Cancer gene 1 and 2 (BRCAL, and BRCA2) for hereditary breast and
ovarian cancer in spite of genetic counselling. The case was discussed in
multidisciplinary meeting and advised to have neoadjuvant chemotherapy
(Docetaxel, Anthracycline and Cyclophosphamide) for 6 cycles followed
by surgery and radiation if required.

Discussion

Arrigoni et al. reported mammary hamartoma first time in 1971 as a well
circumscribed lesions comprising varying amount of benign fat and fibro
glandular tissue [1]. He described a classical mammographic findings of
a well circumscribed lesion comprising soft tissue density and fat
surrounded by a pseudo capsule, which gives a “breast within a breast” or
a “cut sausage” appearance [1,2]. Mammary hamartomas are well
circumscribed, ‘wider than tall’ lesions with mixed echogenic internal
echotexture without any microcalcifications or retro tumour acoustic

Page 3 of 4



International Journal of Clinical Case Reports and Reviews

shadowing on ultrasonography [3]. On Magnetic Resonance Imaging
(MRI), a hamartoma is an encapsulated mass with mixed fat and fibro-
glandular signal intensity with some contrast enhancement of fibro-
glandular elements [4].

The incidence of malignancy within hamartomas is extremely rare. Very
few case reports have described different types of malignancy including
both invasive and non-invasive malignancies arising within hamartomas
[5-9]. Therefore, the finding of breast hamartoma does not completely
exclude the possibility of malignancy originating from benign lesion.
Forte et al. in 2019 described invasive carcinoma arising from hamartoma
or fibroadenolipoma [9]. Most of the reported cases were of invasive
ductal carcinoma as in our case, however, few cases were also of lobular
carcinoma and in situ carcinoma [7].

We are in agreement with Lee et al [10]. That any lesion that grows, or
shows radiologic features atypical for a hamartoma, a histopathological
diagnosis should be warranted. Atypical radiological features, which
should raise suspicion of possible malignancy developing within
hamartoma, includes suspicious additional mass that shows
discriminating imaging features from the hamartoma or development of
microcalcifications or increase in size of the mass during follow up.

In conclusion, although malignancy arising within hamartoma is an
extremely rare entity, the radiologist should be aware and prudent of the
atypical as well as suspicious features within hamartoma during
interpretation of imaging modalities and should thoroughly investigate
any architectural distortion or microcalcifications within an otherwise
typical hamartoma.
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