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Abstract Metastasis from mammary phyllodes tumor is

rare; only five cases of phyllodes tumor metastasizing to

the pancreas have been documented in the literature. Our

patient developed acute retroperitoneal hemorrhage due to

pancreatic metastasis from malignant phyllodes tumor of

the breast, as the first presentation of metastasis. We suc-

cessfully used catheter intervention to avoid urgent

explorative laparotomy, and eventually found another

metastasis in a short period. Systemic ifosfamide–doxoru-

bicin combination chemotherapy was employed. The

regression of metastases was partial and a new lesion

appeared at the same time. This case is extremely rare.

However, we should be careful about the symptoms indi-

cating the sign of bleeding during the follow-up of patients

with fast-progressing metastatic phyllodes tumor.
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Introduction

Phyllodes tumor (PT) is a rare, biphasic, fibroepithelial

neoplasm of the breast that usually occurs in middle-aged

women. It constitutes 0.3 % of breast tumors. PT can be

further classified as benign, borderline, or malignant on the

basis of its histologic characteristics [1–4]. Distant metas-

tasis occurs in approximately 25 % of malignant PT [2]. The

most common sites of distant metastases are the lungs [3, 5].

Metastases to the pancreas are extremely rare [6–10]. Here,

for the first time, we report a case of PT-derived pancreatic

metastasis presenting as retroperitoneal hemorrhage, which

was controlled with catheter intervention.

Case report

The patient was a 51-year-old woman, who had undergone

a modified radical mastectomy with a transverse rectus

abdominus musculocutaneous flap for a very large PT in

her left breast (Fig. 1). The resected tumor was 12 cm in

diameter. The cut surface was solid, gray-white, and

showed cleft-like spaces (Fig. 1c). Microscopically, HE

staining showed a well-circumscribed biphasic neoplasm,

consisting mainly of stromal component with benign

glandular elements (Fig. 2a). Stromal component showed

various degrees of cellularity and nuclear atypia from area

to area. Some areas showed marked proliferation of atyp-

ical spindle cells with stromal overgrowth; the mitotic

activity was 48 mitotic figures per 10 high power fields

(Fig. 2b). The overall appearance was consistent with the

diagnosis of malignant PT. She received no adjuvant

therapy. Fifteen months after the surgery, she visited our

hospital with a week’s history of back pain, which had

acutely worsened during the visit. She had no symptoms at
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the last visit, 3 months previous; periodic examinations,

including abdominal ultrasonography (US), showed no

evidence of metastasis.

On admission to our hospital, she had an enhanced

computed tomography (CT) examination, which revealed a

retroperitoneal hemorrhage and hematoma, with a tumor in

the pancreatic tail (Fig. 3). Urgent angiography showed

active bleeding from a splenic artery branch (Fig. 4).

Transarterial selective embolization was performed, which

controlled the bleeding and stabilized the patient’s condi-

tion. However, rebleeding was found the next day, and a

second embolization was performed. We ultimately needed

three embolizations for successful hemostasis, including an

embolus of a splenic artery.

Sixteen days later, a follow-up CT after embolization dis-

closed new tumors in the liver and in the lung (Fig. 5).

Because the new lung and liver tumors appeared very shortly

after the pancreas tumor, we regarded these tumors as

metastases from the same origin. A pulmonary tumor was

biopsied by video-assisted thoracic surgery (VATS). Micro-

scopically, the tumor showed marked proliferation of atypical

spindle cells with a mitotic activity of greater than 40 mitotic

figures per 10 high power fields, which mimicked the malig-

nant part of the primary tumor; pathological diagnosis was a

metastasis from a malignant PT (Fig. 6). Thus, we concluded

that the pancreas tumor and these tumors were metastases of

the malignant breast PT. We decided to treat her with systemic

chemotherapy. Five weeks after the biopsy, the metastases in

the pancreas, liver, and lung showed very rapid growth prior to

chemotherapy (Fig. 7, top).

She was treated with ifosfamide–doxorubicin combina-

tion chemotherapy (doxorubicin 25 mg/m2/day, days 1–2;

ifosfamide 2,000 mg/m2/day, days 1–5). Although the

follow-up CT after chemotherapy showed partial regres-

sion of liver and pancreas metastasis (Fig. 7, bottom), she

refused further chemotherapy. She opted for best support-

ive care at home, and died a month later.

Discussion

From 2001 to 2011, we treated 76 patients with fibroepi-

thelial tumors that were greater than 3 cm in diameter or

growing very rapidly, in accordance with the policy of

Noguchi et al. [4]. Of these, 12 cases were PT; four of these

12 were diagnosed as malignant PT. The present case was

the first in our institute to develop distant metastases.

PT constitutes less than 1 % of all breast tumors and

2.5 % of breast fibroepithelial tumors. PT comprises a

benign epithelial element and a monoclonal stromal cell

component [1–4]. PT is further classified as benign, bor-

derline, or malignant on the basis of features of the stromal

cells; 10–20 % of PT are classified as malignant [1, 2].

Distant metastasis occurs with approximately 25 % of

malignant PT [2]. The most common sites of distant

metastases are the lungs [3, 5]; metastases to the pancreas

Fig. 1 CT of primary

phyllodes tumor. a 3D

reconstruction shows a very

large lump on left breast.

b Cross section of the tumor

shows heterogeneous profile.

c Macroscopic appearance of

surgical specimen: cut surface
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from PT are extremely rare. A comprehensive review of

the literature identified only five such case reports [6–10];

aside from one report of hemorrhage in the digestive tract

[8], bleeding from pancreatic metastasis has not been

described. In four of the five reported cases, pancreatic

metastases were surgically treated, and diagnosed by

pathological examination of resected specimens. In two

cases, metastasis was diagnosed using endoscopic US-

guided fine-needle aspiration cytology (EUSFNA) [6, 7].

Before we decided to perform the pancreatic tail

resection as the definitive surgery, shortly after the suc-

cessful hemostasis, new lesions were found in her liver and

lung. The possibility of metastasis from the previous

malignant PT was considered, as were other differential

diagnoses, such as primary pancreatic tumor and metasta-

ses. We forewent use of diagnostic EUSFNA, as the pan-

creatic tumor was located in the pancreatic dorsum and was

Fig. 2 Microscopic findings of primary tumor: low-power magni-

fication (a) and high-power magnification (b). Primary tumor

comprises stromal component and epithelial component showing

intracanalicular pattern (a). Another area of primary tumor shows

marked proliferation of spindle cells with numerous mitotic figures

(b). Scale bars 500 lm in a and 50 lm in b

Fig. 3 Enhanced CT upon admission revealed a pancreatic tumor

(a) and extravasation of contrast medium (arrowhead) in the

retroperitoneal hematoma (b)

Fig. 4 Urgent angiography revealed a bleeding branch of the splenic

artery with contrast extravasation (arrowhead)
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associated with a large retroperitoneal hematoma. We

performed the less-invasive lung tumor biopsy by VATS

instead of pancreatic tail resection. Although we could not

obtain direct evidence of pancreatic metastasis, considering

the pathology of the lung tumor and the timing of the onset

of the pancreas, liver, and lung tumors after the breast

surgery, we concluded that the pancreas tumor was the

initial metastasis of the breast malignant PT, and that it

caused her pain and retroperitoneal hemorrhage as the first

presentation of symptoms of distant metastases. To the best

of our knowledge, retroperitoneal hemorrhage due to

pancreatic metastasis from malignant PT has not been

previously documented in the English-language literature.

Metastatic PT of the breast has a poor prognosis; aver-

age survival time of patients with PT metastasis is reported

to be 30 months [11]. Suzuki-Uematsu et al. [12] reviewed

reports of malignant PT with metastases in Japan; seven of

15 reported patients with metastatic PT died within 1 year

after resection. Among the four resected cases of pancreatic

metastasis from PT [6, 8–10], two cases showed early

relapse [8, 9], whereas one patient survived for a long time

after resection [6]. Because there are few benefits from

surgery when new metastases appear in a short time, sys-

temic treatment should be considered early.

Although standard chemotherapy for metastatic PT is

not established yet, chemotherapy that includes ifosfamide

is reported to be effective. Hawkins et al. [13] reported two

complete remission cases; one patient was treated with a

combination regimen containing ifosfamide and doxoru-

bicin, and was disease-free for 61 months. Tsuchie et al.

[14] reported a case that showed relapsed metastasis to

lung and pancreas 3 months after a pancreaticoduodenec-

tomy for intrapancreatic bile duct metastases of malignant

PT. For this patient, they used the same combination che-

motherapy as Hawkins; the case completely remitted and

the patient was disease-free for the next 5 years.

Successful catheter intervention against retroperitoneal

hemorrhage from metastatic tumor is also uncommon [15].

Patients under spontaneous retroperitoneal hemorrhage

usually require urgent surgical exploration [16]. In our case,

Fig. 6 Microscopic findings of lung metastasis: low-power magni-

fication (a) and high-power magnification (b). Metastatic tumor

comprises only stromal component (a) and it mimics the malignant

part of primary tumor (b). Scale bars 500 lm in a and 50 lm in b

Fig. 5 Follow-up CT 16 days after the embolization disclosed new

tumors in the lung (a) and in the liver (b). A lung tumor (arrowhead)

was biopsied

Int Canc Conf J (2013) 2:238–242 241

123



as the exacerbation of symptoms occurred in the hospital, we

could detect retroperitoneal hemorrhage early and were able

to perform urgent angiography. Because the catheter inter-

vention was successful, we could avoid an urgent explor-

atory laparotomy and unnecessary highly invasive definitive

surgery, and were able to decide on a systemic treatment.

The combination regimen containing ifosfamide and doxo-

rubicin was employed in our patient. Although the target

lesion was partially remitted, a new lesion developed at the

same time. Hemostasis was not simple in our case; the very

large retroperitoneal hematoma was left for a long time,

which affected our patient’s recovery. The malignant PT

progressed so quickly that the delayed initiation of chemo-

therapy may have affected her response to it. There are few

reports of PT metastasizing to retroperitoneal spaces such as

the pancreas [6–10] or the adrenal gland [17]. However, the

patients with metastases in multiple sites could eventually

develop retroperitoneal metastasis; this could lead to retro-

peritoneal hemorrhage, considering the aggressive nature of

metastatic PT. We should be careful about the symptoms

indicating the sign of bleeding during the follow-up of

patients with fast-progressing metastatic PT that quickly

develops new metastases.
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Fig. 7 Five weeks after biopsy, CT before chemotherapy (top)
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