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Abstract

Phyllodes tumor is a fibroepithelial lesion that accounts for 0.3 % to 1.0 % of all breast neoplasms, and it is commonly observed as
a fast-growing breast mass. Recurrences are frequent regardless of the histology, both in benign and malignant phyllodes tumors,
and when it recurs, the prognosis is known as very poor. The average time to local recurrence reported is around two years from the
initial excision. In this report, we describe a case of a benign phyllodes tumor of the breast recurring as a rapidly growing recur-
rent malignant phyllodes tumor in a 45-year-old woman, along with the imaging findings. There are many reports about recurrent
phyllodes tumor in the medical field. However, the fascinating point about this case is the very short time interval of recurrences
(shortest within one week) at the same location. To our knowledge, no case has been reported with such short interval time.
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1. Introduction

Phyllodes tumors were originally described as “cys-
tosarcoma phyllodes” by Johannes Muller in 1838. The term
“phyllodes”, which means leaf-like, describes the typical
papillary projections that are seen on pathologic exami-
nation. This tumor is classified as benign, borderline or
malignant according to the World Health Organization
(WHO) criteria. This classification is based on stromal cel-
lularity, cellular atypia, stromal overgrowth, tumor necro-
sis and mitotic activity (1). These tumors occur mostly in
women and only few cases have been reported in men (2).

On physical examination, they present as a rapidly
growing palpable mass with a smooth, well-defined mar-
gin. Palpable axillary lymph nodes (LNs) are encountered
in 20% of the patients, but less than 5% are detected as
clinically positive nodes (3). The most common baseline
studies for phyllodes tumor are mammography and ultra-
sonography (US). Imaging findings are variable, ranging
from small to huge tumors occupying practically the en-
tire breast. On mammography, a phyllodes tumor presents
as an oval, round, or irregular shape high density mass
with a circumscribed margin. On US examination, a phyl-
lodes tumor presents as a heterogeneous echogenic mass
with a circumscribed margin that occasionally contains a

cystic space producing posterior acoustic enhancement.
Both mammography and ultrasonography cannot distin-
guish between benign, borderline and malignant phyl-
lodes tumors, and therefore, pathologic confirmation is
mandatory.

We report a case of a benign phyllodes tumor of the
breast recurring as a rapidly growing recurrent malignant
phyllodes tumor in a 45-year-old woman, along with the
imaging and pathologic findings. The fascinating point
about this case is the very short time interval of recur-
rences at the same location.

2. Case Presentation

A 45-year-old woman visited Kangwon National Hospi-
tal due to 4 cm and 1.6 cm sized masses in her left breast.
The patient had no personal history of any other cancer,
had never used hormone replacement therapy and was
multiparous. After simple excision, pathologic diagnosis
was benign phyllodes tumor and fibroadenoma. Resection
margin was clear (0.1 cm).

Two years later, the patient revisited due to a huge ten-
der mass in the left lower inner breast. On physical exami-
nation, she had a firm, rubbery, protruding and hardened
palpable mass measuring about 20 cm × 18 cm in size in
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the left breast. There were many engorged veins through-
out her left breast and the skin was stretched over the mass
with ulceration and dimpling. Her right breast and both
axillae examination showed no abnormality.

Since the mass was firm and extremely large, we were
unable to perform mammography. Chest X-ray at admis-
sion showed a huge hyperdense mass in her left breast
(Figure 1). US examination showed a huge mass which
encompassed the entire left breast with heterogeneous
echogenicity and a non-circumscribed margin (Figure 2)
which was classified as Breast Imaging Reporting and Data
System (BI-RADS) 4C and an US-guided core biopsy was per-
formed. Significantly enlarged lymph nodes were not ob-
served on US.

Figure 1. A 45-year old woman with a history of benign phyllodes tumor in left
breast resected two years ago presented with a huge tender mass in the left lower
inner breast. Chest X-ray at admission showed a huge hyperdense mass in the left
breast

The result of core needle biopsy revealed a malig-
nant phyllodes tumor and the patient underwent radi-
cal mastectomy. During operation, invasion into the pec-
toralis major muscle was noted. The final postoperative
histopathology examination results were as follow: on
gross examination, the cut surface of the tumor showed
multinodular appearance, with multifocal hemorrhage
and necrosis (Figure 3A). On microscopic examination,
multifocal malignant phyllodes tumor areas measuring 3
cm in greatest dimension were seen in the background
of benign phyllodes tumor measuring 20 ×18 × 12 cm in
size with pushing border (Figure 3B). Epithelial compo-
nent were scanty and densely packed (Figure 3C). Hyper-
cellular stroma, cellular atypia, and high mitotic figures
(>20/10 high power field [HPF]) were seen (Figure 3D). Re-
section margin was involved by benign phyllodes area.

Figure 2. Grey-scale ultrasonography (US) examination showed a huge heteroge-
neous mass without a circumscribed margin that encompassed the entire left breast

Two weeks after discharge, she was again admitted to
our hospital due to fever and a progressively growing mass
in her left resected breast. Follow-up US revealed a large
mass with a complex cystic and solid echo pattern in the
operative bed of the left breast with diffuse skin thicken-
ing and edematous change (Figure 4). Enlarged lymph
nodes with preserved fatty hilum were seen in the left ax-
illary area. We assessed the lesion to be a recurred phyl-
lodes tumor or considered the possibility of an infectious
condition. The surgeon decided to perform reoperation
without a core-needle biopsy. Contrast-enhanced abdom-
inal computed tomography (CT), chest CT and a positron
emission tomography (PET)-CT were performed to evaluate
the extent of this mass prior to surgery and for metastatic
workup. On abdominal and chest CT, no evidence of metas-
tasis was noted, and on PET- CT scan, there were hyperme-
tabolic lesions along the left anterior chest wall around
the previous operation site, suggesting a postoperative
change. However, it was impossible to perform the oper-
ation immediately due to the liver function abnormality
and the operation was postponed until 1 week. The rea-
son for the liver dysfunction that we suspect is graviola
tea which the patient drank without the permission of the
physician. We believe this tea caused toxic hepatitis and
elevated liver function test (LFT) was noted since the liver
function improved after she stopped drinking the tea. Fi-
nally, the patient underwent a debulking operation for the
recurred mass and the mass was found to be very hard and
it extended to the axillary area (level I) with multiple inva-
sions into the left ribs and a fixed state to the chest wall.
Because of severe adhesion to the surrounding soft tissue
and chest wall and massive bleeding, the surgeon could
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Figure 3. A, Gross specimen of the recurrent malignant tumor (1st recurrence, 2nd operation) shows multifocal necrosis and hemorrhage. B, Benign phyllodes tumor area. C,
Boderline to malignant area. D, Malignant phyllodes tumor area. (B-D hematoxylin and eosin [H&E] staining, ×100)

not completely resect the tumor. The wound could not be
closed due to skin tension. The left breast mass weighed
550 g at the time of excision with involvement of resection
margin. The resected mass also showed necrosis and ulcer-
ative change and the cut surface showed whitish appear-
ance and infiltrating border. The final pathology examina-
tion of the debulking surgical specimen revealed high cel-
lularity, nuclear atypism, and a high mitotic rate (Figure
5). Involvement of the resection margin was noted with
invasion to muscle and skin. Tumor necrosis was noted in
both operations, but no lymph-vascular invasion and per-
ineurial invasion was noted.

One week after the debulking operation, during
wound dressing, the surgeon grossly noted multifocal
masses in the operative bed. Nevertheless, she received
no adjuvant chemoradioation after the first recurrence
because her general condition was poor.

The second debulking operation (3rd recur, 4th oper-

ation) was performed and multifocal masses were found
throughout the entire left breast including the left axilla.
Pathologic finding was similar to the 3rd operation, entire
malignant phyllodes tumor.

Because of rapid recurrence of the mass with a poor pa-
tient condition, the surgeon decided that the masses were
no longer resectable and palliative radiation therapy was
planned. One cycle of palliative radiation therapy (1.3 Gy
× 2 fractions/day × 7 days) was performed and enhanced
chest CT was performed after completing radiation ther-
apy (RT) (Figure 6). On chest CT scan, there were multiple
variable sized high attenuation masses in the left breast op-
erative bed extending to the left axilla and the contralat-
eral side of the breast.

The disease gradually progressed to pulmonary edema
and malignant pericardial effusion, and she expired in hos-
pital care within 4 months of her first recurrence.
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Figure 4. Ultrasonography (US) images of the recurrent mass revealed a large mass
with complex cystic and solid echo pattern at the operative bed of the left breast
with diffuse skin thickening and edematous change

3. Discussion

Phyllodes tumor is an uncommon fibroepithelial
breast tumor that accounts for 0.3 % to 1.0 % of all breast
neoplasms, and it is commonly observed as a fast-growing
breast mass. It usually occurs in middle-aged women
between 45 to 49 years of age, and this age group is 20
years older than than that for fibroadenoma (4). The
clinical course of phyllodes tumor is unpredictable and it
is difficult to differentiate between phyllodes tumor and
fibroadenoma by imaging and even cytology. Aspiration
cytology is unreliable because of inhomogeneity of the
tumor. For this reason, both permanent sections and
intraoperative frozen section should be obtained for an
accurate diagnosis. Core needle biopsy is the common
first step to differentiate between phyllodes tumor and
fibroadenoma. Komenaka et al. (5) have reported that
core needle biopsy represents the preferred means of
pre-operative diagnosis for giant breast tumors with a
sensitivity of 99% and a negative predictive value and a
positive predictive value of 93% and 83%, respectively. How-
ever, many physicians insist that when clinical suspicion
persists after core needle biopsy, excisional biopsy should
always be considered (6).

When the diagnosis is made, surgical excision is the
treatment of choice. A wide surgical excision with a 1 to
2 cm margin is recommended, and when an inadequate
margin is obtained, an increase in the risk of local recur-
rence and distant metastasis has been reported (1). In our
case, when we first excised the benign phyllodes tumor
and even when she revisited our hospital due to recur-
rence, we clearly checked the tumor-free resection margin,

Figure 5. A, Gross specimen of the recurrent malignant phyllodes tumor (2nd re-
currence, 3rd operation) with necrosis and ulcerative change. B, Cut surface shows
whitish appearance and infiltrating border. C, Hypercellularity, cellular atypism,
high mitotic rate (H&E staining, × 400).

but repetitive local recurrences occurred.
Recurrences are frequent regardless of the histology,

both in benign and malignant phyllodes tumors, and
many studies have found that time to local recurrence is
shorter in patients with malignant phyllodes tumor com-
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Figure 6. Chest CT scans obtained after the second debulking opertation. Multifocal variable sized enhancing masses are noted in the left operative bed that extended to the
left axilla (A) and contralateral side of breast (B).

pared with patients with benign and borderline phyllodes
tumor. The average time to local recurrence reported is
around two years from the initial excision and it indicates
that more careful observation and follow-up are needed
within two years after surgery (7). In our case, the pa-
tient noted a palpable mass within 19 months after surgery
and had not undergone imaging or outpatient depart-
ment follow-up after surgery. Once recurrence occurred,
the time interval between the recurrences shortened as the
second recurrence occurred about 1 month after surgery
and the third recurrence was noted within 1 week after the
previous debulking operation. It has been reported that re-
current tumors grow rapidly in a short time period as com-
pared with the initial tumor and outbreak at the original
operative site (7).

Several case reports reviewed and documented the
ability of benign tumors to undergo malignant transfor-
mation. Tan et al. (8) reported that 18.9% of the patients
with an initial benign phyllodes tumor developed recur-
rent borderline or malignant tumors and Barrio et al. (9)
reported that 26.1% of the patients have the same charac-
teristics. In our case, the initial mass was a benign phyl-
lodes tumor, but when it recurred, multifocal malignant
tumors were noted in the background of a benign tumor.
Some authors have reported a malignant tumor recurring
as a benign or borderline tumor, and this indicates that
whatever the initial histology may be, surgical excision is
recommended.

The treatment of choice for local recurrent tumors is
re-excision to achieve a wide margin or mastectomy fol-
lowed by radiation therapy. The need for additional local

treatment, such as RT, is still not established. However, for
a patient with locally unresectable tumors, like our case,
palliative RT would be an option. A multi institutional
study performed by Barth et al. revealed that the local re-
currence rate after adjuvant radiotherapy was significantly
less than that observed in the reported patients treated
with margin-negative resection alone (10). There are no
prospective randomized trial data regarding the best treat-
ment for recurrent phyllodes tumors. Therefore, a well-
designed prospective study is needed as soon as possible.

In conclusion, a phyllodes tumor has a wide range of
spectrum with high prevalence of local recurrence and ca-
pacity for metastasis. To the best of our knowledge, none
of the reported cases have shown such a short interval of
recurrence as our case. Local recurrence usually occurs
within two years of initial surgery, and therefore, a care-
ful follow up is recommended within two years and guide-
lines for the treatment of a recurrent phyllodes tumor are
urgently needed.
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