Clinical Cases

Baishideng Publishing Group Inc



g é) World Journal of
Clinical Cases

Contents Thrice Monthly Volume 10 Number 14 May 16, 2022

OPINION REVIEW
4327  Emerging role of biosimilars in the clinical care of inflammatory bowel disease patients

Najeeb H, Yasmin F, Surani S

MINIREVIEWS
4334  Practical insights into chronic management of hepatic Wilson’s disease

Lynch EN, Campani C, Innocenti T, Dragoni G, Forte P, Galli A

4348  Adipose-derived stem cells in the treatment of hepatobiliary diseases and sepsis

Satilmis B, Cicek GS, Cicek E, Akbulut S, Sahin TT, Yilmaz S

ORIGINAL ARTICLE

Clinical and Translational Research

4357  Learning curve for a surgeon in robotic pancreaticoduodenectomy through a “G”-shaped approach: A
cumulative sum analysis

Wei ZG, Liang CJ, Du Y, Zhang YP, Liu Y
4368  Clinical and prognostic significance of expression of phosphoglycerate mutase family member 5 and

Parkin in advanced colorectal cancer

Wu C, Feng ML, Jiao TW, Sun MJ

Case Control Study

4380  Significance of preoperative peripheral blood neutrophil-lymphocyte ratio in predicting postoperative
survival in patients with multiple myeloma bone disease

Xu ZY, Yao XC, Shi XJ, Du XR

Retrospective Study

4395  Association between depression and malnutrition in pulmonary tuberculosis patients: A cross-sectional
study

Fang XE, Chen DP, Tang LL, Mao YJ

4404  Pancreatic cancer incidence and mortality patterns in 2006-2015 and prediction of the epidemiological
trend to 2025 in China

Yin MY, Xi LT, Liu L, Zhu JZ, Qian LJ, Xu CF
4414  Evaluation of short- and medium-term efficacy and complications of ultrasound-guided ablation for small

liver cancer

Zhong H, Hu R, Jiang YS

WJCC | https://www.wjgnet.com I May 16,2022 | Volume10 | Issuel4 |

Jaishideng®



World Journal of Clinical Cases
Contents
Thrice Monthly Volume 10 Number 14 May 16, 2022
4425  Hematopoiesis reconstitution and anti-tumor effectiveness of Pai-Neng-Da capsule in acute leukemia
patients with haploidentical hematopoietic stem cell transplantation
Yuan JJ, Lu Y, Cao JJ, Pei RZ, Gao RL
4436  Oral and maxillofacial pain as the first sign of metastasis of an occult primary tumour: A fifteen-year
retrospective study
Shan S, Liu S, Yang ZY, Wang TM, Lin ZT, Feng YL, Pakezhati S, Huang XF, Zhang L, Sun GW
4446  Reduced serum high-density lipoprotein cholesterol levels and aberrantly expressed cholesterol
metabolism genes in colorectal cancer
Tao JH, Wang XT, Yuan W, Chen JN, Wang ZJ, Ma YB, Zhao FQ, Zhang LY, Ma J, Liu Q
Observational Study
4460  Correlation of pressure gradient in three hepatic veins with portal pressure gradient
Wang HY, Song QK, Yue ZD, Wang L, Fan ZH, Wu YF, Dong CB, Zhang Y, Meng MM, Zhang K, Jiang L, Ding HG, Zhang
YN, Yang YP, Liu FQ
4470  Multi-slice spiral computed tomography in diagnosing unstable pelvic fractures in elderly and effect of
less invasive stabilization
Huang JG, Zhang ZY, Li L, Liu GB, Li X
SYSTEMATIC REVIEWS
4480  Distribution and changes in hepatitis C virus genotype in China from 2010 to 2020
Yang J, Liu HX, Su YY, Liang ZS, Rao HY
CASE REPORT
4494  Bow hunter’s syndrome successfully treated with a posterior surgical decompression approach: A case
report and review of literature
Orlandi N, Cavallieri F, Grisendi I, Romano A, Ghadirpour R, Napoli M, Moratti C, Zanichelli M, Pascarella R, Valzania
F, Zedde M
4502  Histological remission of eosinophilic esophagitis under asthma therapy with IL-5 receptor monoclonal
antibody: A case report
Huguenot M, Bruhm AC, Essig M
4509  Cutaneous mucosa-associated lymphoid tissue lymphoma complicating Sjogren's syndrome: A case report
and review of literature
Liu Y, Zhu J, Huang YH, Zhang QR, Zhao LL, Yu RH
4519  Plexiform neurofibroma of the cauda equina with follow-up of 10 years: A case report
Chomanskis Z, Juskys R, Cepkus S, Dulko J, Hendrixson V, Ruksenas O, Rocka S
4528  Mixed porokeratosis with a novel mevalonate kinase gene mutation: A case report
Xu HJ, Wen GD
4535  Isolated pancreatic injury caused by abdominal massage: A case report
Sun BL, Zhang LL, Yu WM, Tuo HF
Guieidenge WICC | https://www.wjgnet.com I May 16,2022 | Volume10 | Issuel4 |



World Journal of Clinical Cases
Contents
Thrice Monthly Volume 10 Number 14 May 16, 2022
4541  Bronchiolar adenoma with unusual presentation: Two case reports
Du Y, Wang ZY, Zheng Z, Li YX, Wang XY, Du R
4550  Periodontal-orthodontic interdisciplinary management of a “periodontally hopeless” maxillary central
incisor with severe mobility: A case report and review of literature
Jiang K, Jiang LS, Li HX, Lei L
4563  Anesthesia management for cesarean section in a pregnant woman with odontogenic infection: A case
report
Ren YL, Ma YS
4569  Convulsive-like movements as the first symptom of basilar artery occlusive brainstem infarction: A case
report
Wang TL, Wu G, Liu SZ
4574  Globe luxation may prevent myopia in a child: A case report
Li O, Xu YX
4580  Computer tomography-guided negative pressure drainage treatment of intrathoracic esophagojejunal
anastomotic leakage: A case report
Jiang ZY, Tao GQ, Zhu YF
4586  Primary or metastatic lung cancer? Sebaceous carcinoma of the thigh: A case report
Wei XL, Liu Q, Zeng QL, Zhou H
4594  Perianesthesia emergency repair of a cut endotracheal tube’s inflatable tube: A case report
Wang TT, Wang J, Sun TT, Hou YT, Lu Y, Chen SG
4601  Diagnosis of cytomegalovirus encephalitis using metagenomic next-generation sequencing of blood and
cerebrospinal fluid: A case report
Xu CQ, Chen XL, Zhang DS, Wang JW, Yuan H, Chen WF, Xia H, Zhang ZY, Peng FH
4608  Primary sigmoid squamous cell carcinoma with liver metastasis: A case report
Li XY, Teng G, Zhao X, Zhu CM
4617  Acute recurrent cerebral infarction caused by moyamoya disease complicated with adenomyosis: A case
report
Zhang S, Zhao LM, Xue BQ, Liang H, Guo GC, Liu Y, Wu RY, Li CY
4625  Serum-negative Sjogren's syndrome with minimal lesion nephropathy as the initial presentation: A case
report
Li CY, Li YM, Tian M
4632  Successful individualized endodontic treatment of severely curved root canals in a mandibular second
molar: A case report
Xu LJ, Zhang JY, Huang ZH, Wang XZ
Guieidenge WICC | https://www.wjgnet.com 111 May 16,2022 | Volume10 | Issuel4 |



World Journal of Clinical Cases

Contents
Thrice Monthly Volume 10 Number 14 May 16, 2022

4640  Successful treatment in one myelodysplastic syndrome patient with primary thrombocytopenia and
secondary deep vein thrombosis: A case report

Liu WB, Ma JX, Tong HX

4648  Diagnosis of an extremely rare case of malignant adenomyoepithelioma in pleomorphic adenoma: A case
report

Zhang WT, Wang YB, Ang Y, Wang HZ, Li YX

4654  Management about intravesical histological transformation of prostatic mucinous carcinoma after radical
prostatectomy: A case report

Bai SJ, Ma L, Luo M, Xu H, Yang L

4661  Hepatopulmonary metastases from papillary thyroid microcarcinoma: A case report

Yang CY, Chen XW, Tang D, Yang WJ, Mi XX, Shi JP, Du WD

4669  PD-1 inhibitor in combination with fruquintinib therapy for initial unresectable colorectal cancer: A case
report

Zhang HQ, Huang CZ, Wu JY, Wang ZL, Shao Y, Fu Z

4676  Cutaneous metastasis from esophageal squamous cell carcinoma: A case report

Zhang RY, Zhu SJ, Xue P, He SQ

4684  Rare pattern of Maisonneuve fracture: A case report

Zhao B, Li N, Cao HB, Wang GX, He JQ

4691  Suprasellar cistern tuberculoma presenting as unilateral ocular motility disorder and ptosis: A case report

Zhao BB, Tian C, Fu LJ, Zhang XB

4698  Development of plasma cell dyscrasias in a patient with chronic myeloid leukemia: A case report

Zhang N, Jiang TD, Yi SH

4704  Ovarian growing teratoma syndrome with multiple metastases in the abdominal cavity and liver: A case
report

Hu X, Jia Z, Zhou LX, Kakongoma N

LETTER TO THE EDITOR
4709  Perfectionism and mental health problems: Limitations and directions for future research

Nazari N

Bishidenge WVJCC | https://www.wjgnet.com IX May 16,2022 | Volume10 | Issue14 |



World Journal of Clinical Cases

Contents
Thrice Monthly Volume 10 Number 14 May 16, 2022

ABOUT COVER

Editorial Board Member of World Journal of Clinical Cases, Jamir Pitton Rissardo, MD, Academic Research, Adjunct
Associate Professor, Research Associate, Department of Medicine, Federal University of Santa Maria, Santa Maria
97105110, Brazil. jamirrissardo@gmail.com

AIMS AND SCOPE

The primary aim of World Journal of Clinical Cases (WJCC, World | Clin Cases) is to provide scholars and readers from
various fields of clinical medicine with a platform to publish high-quality clinical research articles and
communicate their research findings online.

WJCC mainly publishes articles reporting research results and findings obtained in the field of clinical medicine
and covering a wide range of topics, including case control studies, retrospective cohort studies, retrospective
studies, clinical trials studies, observational studies, prospective studies, randomized controlled trials, randomized
clinical trials, systematic reviews, meta-analysis, and case reports.

INDEXING/ABSTRACTING

The WJCC is now indexed in Science Citation Index Expanded (also known as SciSearch®), Journal Citation
Reports/Science Edition, Scopus, PubMed, and PubMed Central. The 2021 Edition of Journal Citation Reports®
cites the 2020 impact factor (IF) for WJCC as 1.337; IF without journal self cites: 1.301; 5-year IF: 1.742; Journal
Citation Indicator: 0.33; Ranking: 119 among 169 journals in medicine, general and internal; and Quartile category:
Q3. The W]JCC's CiteScore for 2020 is 0.8 and Scopus CiteScore rank 2020: General Medicine is 493/793.

RESPONSIBLE EDITORS FOR THIS ISSUE

Production Editor: Hua-Ge Yu; Production Department Director: X# Guo, Editorial Office Director: Jin-Lei Wang.

NAME OF JOURNAL INSTRUCTIONS TO AUTHORS

World Journal of Clinical Cases https:/ /www.wijgnet.com/bpg/getinfo/204

ISSN GUIDELINES FOR ETHICS DOCUMENTS

ISSN 2307-8960 (online) https:/ /www.wjgnet.com/bpg/Gerlnfo/287

LAUNCH DATE GUIDELINES FOR NON-NATIVE SPEAKERS OF ENGLISH
April 16, 2013 https:/ /www.wijgnet.com/bpg/gerinfo/240

FREQUENCY PUBLICATION ETHICS

Thrice Monthly https://www.wjgnet.com/bpg/Gerlnfo/288

EDITORS-IN-CHIEF PUBLICATION MISCONDUCT

Bao-Gan Peng, Jerzy Tadeusz Chudek, George Kontogeorgos, Maurizio Serati, Ja | https://www.wignet.com/bpg/gerinfo/208
Hyeon Ku

EDITORIAL BOARD MEMBERS ARTICLE PROCESSING CHARGE

https:/ /www.wjgnet.com/2307-8960/ editotialboard. htm https://www.wjgnet.com/bpg/gerinfo/242
PUBLICATION DATE STEPS FOR SUBMITTING MANUSCRIPTS
May 16, 2022 https:/ /www.wjgnet.com/bpg/Gerlnfo/239
COPYRIGHT ONLINE SUBMISSION

© 2022 Baishideng Publishing Group Inc https:/ /www.f6publishing.com

© 2022 Baishideng Publishing Group Inc. All rights reserved. 7041 Koll Center Parkway, Suite 160, Pleasanton, CA 94566, USA

E-mail: bpgoffice@wjgnet.com https://www.wjgnet.com

JBaishideng®

WJCC | https://www.wjgnet.com X May 16,2022 | Volume10 | Issue14 |


https://www.wjgnet.com/bpg/gerinfo/204
https://www.wjgnet.com/bpg/GerInfo/287
https://www.wjgnet.com/bpg/gerinfo/240
https://www.wjgnet.com/bpg/GerInfo/288
https://www.wjgnet.com/bpg/gerinfo/208
https://www.wjgnet.com/2307-8960/editorialboard.htm
https://www.wjgnet.com/bpg/gerinfo/242
https://www.wjgnet.com/bpg/GerInfo/239
https://www.f6publishing.com
mailto:bpgoffice@wjgnet.com
https://www.wjgnet.com

7|0\

Submit a Manuscript: https:/ /www.f6publishing.com

DOI: 10.12998 / wijcc.v10.i14.4648

World Journal of
Clinical Cases

World ] Clin Cases 2022 May 16; 10(14): 4648-4653

ISSN 2307-8960 (online)

CASE REPORT

Diagnosis of an extremely rare case of malignant
adenomyoepithelioma in pleomorphic adenoma: A case report

Wei-Tong Zhang, Ya-Bing Wang, Yi Ang, Hui-Zhen Wang, Yong-Xiang Li

Specialty type: Medicine, research
and experimental

Provenance and peer review:
Unsolicited article; Externally peer
reviewed.

Peer-review model: Single blind

Peer-review report’s scientific
quality classification

Grade A (Excellent): 0

Grade B (Very good): B
Grade C (Good): C, C

Grade D (Fair): 0

Grade E (Poor): 0

P-Reviewer: Bharati S, Bangladesh;
Dalal N, India

Received: December 8, 2021
Peer-review started: December 8,
2021

First decision: January 25, 2022
Revised: January 29, 2022
Accepted: March 26, 2022

Article in press: March 26, 2022
Published online: May 16, 2022

Jaishideng®

WJCC | https://www.wjgnet.com

Wei-Tong Zhang, Hui-Zhen Wang, Yong-Xiang Li, Department of General Surgery, The First
Affiliated Hospital of Anhui Medical University, Hefei 23000, Anhui Province, China

Ya-Bing Wang, Yi Ang, Department of Breast Surgery, Yijishan Hospital of Wannan Medical
College, Wuhu 241000, Anhui Province, China

Corresponding author: Yong-Xiang Li, MD, Chief Doctor, Professor, Surgeon, Department of
General Surgery, The First Affiliated Hospital of Anhui Medical University, No. 218 Jixi Road,
Hefei 23000, Anhui Province, China. liyongxiang@ahmu.edu.cn

Abstract

BACKGROUND

Pleomorphic adenoma (PA) is the most common type of salivary gland tumor,
and its common sites are parotid gland, sinus, nasal septum and cleft palate. PA is
an uncommon benign type of tumor occurring in the breast, and there are few
reports of cases in Asia.

CASE SUMMARY

An 84-year-old woman found a mass in the upper outer quadrant of the right
breast > 1 year ago. The patient underwent a right breast lumpectomy and
sentinel lymph node biopsy. The pathological diagnosis was PA in the upper
outer quadrant of the right breast, and the malignant component was malignant
adenomyoepithelioma. The postoperative course was uneventful, and no
chemotherapy was administered. At 18 mo of follow-up, the patient is alive and
well, with no evidence of recurrent disease.

CONCLUSION

Patients with breast PA should first undergo extended excision of breast masses
followed by pathological examination. If malignancy is confirmed or the surgical
margin is positive, modified radical mastectomy should be performed.

Key Words: Pleomorphic adenoma of breast; Diagnosis; Malignant adenomyoepithelioma;
Salivary gland tumors; PLAG1; HMGAZ2; Case report
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Core Tip: Pleomorphic adenoma (PA) is an uncommon benign type of tumor occurring in the breast, and
there are few reports of cases in Asia. We here present an extremely rare case of malignant adenomyoep-
ithelioma in PA. We performed a detailed pathological examination, immunohistochemistry and
fluorescence in situ hybridization (including detection of PLAGI and HMGA?2 gene rearrangement). We
also summarize the pathological differential diagnosis of PA.

Citation: Zhang WT, Wang YB, Ang Y, Wang HZ, Li YX. Diagnosis of an extremely rare case of malignant
adenomyoepithelioma in pleomorphic adenoma: A case report. World J Clin Cases 2022; 10(14): 4648-4653

URL: https://www.wjgnet.com/2307-8960/full/v10/i14/4648.htm

DOI: https://dx.doi.org/10.12998/wjcc.v10.i14.4648

INTRODUCTION

Pleomorphic adenoma (PA) of the breast is a rare tumor in postmenopausal women[1]. It is a mixed
tumor with diverse morphology and ability to differentiate in different forms[2]. Because of its rarity,
accurate diagnosis via histopathological analysis is important to determine the treatment plan. We here
present an extremely rare case of malignant adenomyoepithelioma in PA and performed a detailed
pathological examination, immunohistochemistry and fluorescence in situ hybridization (FISH). We also
summarize the pathological differential diagnosis of PA.

CASE PRESENTATION

Chief complaints
An 84-year-old woman found a mass in the upper outer quadrant of the right breast > 1 year ago.

History of present illness
On April 8, 2020, she went to the clinic complaining of pain and discomfort intermittently in the lump,
which had not subsided for 12 mo.

History of past illness
Her personal and family history was unremarkable.

Personal and family history
There was nothing special to mention in her personal and family history.

Physical examination

In the upper outer quadrant of the right breast, a mass of about 3.0 cm % 2.0 cm x 2.0 cm was palpable,
with a hard texture, clear boundary, and no tenderness. No abnormalities were seen in the nipple and
skin. There was no enlarged lymph node in the right axilla.

Laboratory examinations
Laboratory examinations were normal.

Imaging examinations

Breast ultrasound examination detected a mixed mass was detected in the right breast (Figure 1A). The
boundary between the mass and its surroundings was clear, the echo was uneven, and the blood flow
signal was disordered in some areas. Breast Imaging Reporting and Data System score: 4C (Figure 1B).
There were no enlarged lymph nodes in the right axilla. Chest computed tomography (CT) examination
(Figure 1C): There is nodular soft tissue shadow in the right breast area, about 2.0 cm in diameter.

Pathological findings

One piece of gray-yellow tissue, measured 4.0 cm x 2.5 cm x 2.5 ecm (including surrounding normal
tissue); a gray-white, gray-yellow nodular mass was seen on the cut surface, the boundary was clear,
and the length was 2.2 cm.

Microscopic observation showed that most areas of the mass and the surrounding boundary are clear;
glandular tubular structures were seen in the lesions, which contain pale eosin secretions (Figure 2A).
Double-layered cells can be seen in some glandular ducts, and apocrine metaplasia were seen locally. A
large area of cartilage mucus-like matrix can be seen, and oval-shaped myoepithelial cells are trapped in
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Figure 1 Breast ultrasound examination. A: The lump and the surrounding boundary are clear, and the echo is uneven; B: Disturbance of blood flow signal in
some areas, Breast Imaging Reporting and Data System score: 4C; C: Nodular soft tissue shadow in the right breast area.
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the matrix. Myoepithelial cells are polygonal, oval and star-shaped. Cell atypia was not obvious, and
there was no mitotic phenomenon or necrosis. In some areas, the tumor and the surrounding area are
unclear, showing invasive growth (Figure 2B and C), infiltrating into the fatty tissue and close to the
thick-walled blood vessels (Figure 2D), and there is a phenomenon of arranging around the catheter.
The abnormality of cells in this area is obvious, and mitotic figures are easy to see.

Immunohistochemistry test results were as follows. The glandular tubular structure expressed EMA,
CK7, CD117, dim surface E-cadherin and p120, and partial glandular epithelium was also positive for
CK5/6 and GCDFP-15. They were negative for ER, PR and C-erbB-2/HER-2. The myoepithelial cells
were positive for spinal muscular atrophy and p63, and negative for S-100 protein. Immunohisto-
chemical staining demonstrated the dual epithelial and myoepithelial components. Ki-67 proliferation
index was low (10%).

FISH showed no rearrangement of PLAGI and HMGA? genes (Figure 2E and F).

FINAL DIAGNOSIS

A PA in the upper outer quadrant of the right breast, and the malignant component was malignant
adenomyoepithelioma.

TREATMENT

A right breast lumpectomy and sentinel lymph node biopsy were performed on April 10, 2020, pending
rapid pathological findings, to decide whether to perform modified radical mastectomy on the right
breast. During the intraoperative exploration, a 2 cm x 2.5 cm mass on the right breast was found, which
was solid, bounded, and smooth in surface. The surrounding 1-cm normal gland was cut off and sent
for intraoperative rapid pathology examination. Intraoperative pathology showed epithelial hyperplasia
of the right mammary duct, with a small amount of cartilage and the margin was negative. There were
two sentinel lymph nodes, showing reactive hyperplasia. After the routine diagnosis was confirmed
after the operation, the patient refused to undergo modified radical resection and chemotherapy, and
was discharged on the third day after surgery.
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Figure 2 Pathological findings. A: A glandular tubular structure is seen in the lesion, which contains pale eosin secretions x 200 HE; B: The tumor and the
surrounding area are unclear in some areas, showing invasive growth x 100 HE; C: The tumor cells were heterotypic, with a high ratio of cytoplasm to nuclei; multiple
mitotic figures x 400 HE; D: p63 shows intact myoepithelial x 200 IHC; E: HMGAZ fragmentation probe: Count 100 cells, 1R1G1F accounted for 1%, 1R1F accounted
for 1%; F: PLAG1 fragmentation probe: Count 100 cells, 1R1G1F accounted for 2%.

OUTCOME AND FOLLOW-UP

We followed up the patient via telephone. From April 2020 to October 2021, the patient underwent
breast color ultrasound in a local hospital every 3 mo, chest CT and abdominal color ultrasound every 6
mo, and bone static imaging every year, and no abnormalities were found.

DISCUSSION

PA is the most common tumor of the salivary glands, accounting for about 60% of salivary gland
tumors. PA of the breast was first described in 1906. The morphological characteristics of nine cases of
breast tumors containing cartilage and bone tissue have been reported|[2]. It is believed that PA of the
breast is an intraductal papilloma with interstitial bone and cartilage metaplasia, and a rare specific
interstitial component is the stimulated proliferation of papilloma myoepithelial cells. It was not until
1978 that Sheth et al[1] reported a case using the name PA of the breast. The World Health Organization
(WHO) Classification of Tumors of the Breast, 5" edition classified PA of the breast under
epithelial-myoepithelial tumors, and assigned a new ICD-11 coding: 2F30.Y and XH2KC1 other special
benign breasts tumors and PAs. In the 3" and 4™ editions of the WHO classification, PA of the breast is
described under benign epithelial hyperplasia, and the ICD-O coding is still 8940/0.

Sato et al[3] suggested that the tumor tissue originated from the myoepithelium, because
myoepithelial cells have the potential for mesenchymal differentiation, and the fibrous cells in the
mesenchymal components can develop chondrogenic metaplasia and produce mucus[3]. However,
some scholars believe that PA of the breast is a variant of ductal adenoma or nodular adenomyoep-
ithelioma[4]. PA originating from the salivary glands mostly has rearrangement of PLAG1 and HMGA?2
genes, while PA occurring in the breast usually has no such molecular genetic changes[5,6].

In this case, PA was detected by FISH, and no rearrangement of PLAGI and HMGA2 genes was
observed. Rakha ef al[7] considered that PA of the breast differs from PA of the salivary glands in both
morphology and genetics. PA of the breast only shows histological features overlapping with PA of the
salivary glands, and is often associated with a papillary lesion. The two may not be the same tumor. It is
recommended to use the terms PA-like breast tumors to name this tumor[7].

Gao et al[8] reviewed published reports. A total of 85 cases of PA of the breast were retrieved; four of
which were malignant (4.7%) but did not mention the histological type of the malignant component[8].
The present case had an infiltrating growth pattern locally, and the infiltrating component had
glandular epithelium and myoepithelium, which is consistent with malignant adenomyosis. PA of the
breast mostly occurs in women, with only four cases in men, and the male to female ratio is 10:1. The
age of onset is 19-85 years, and it often occurs in postmenopausal women. The tumors are mostly
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located near the areola, indicating that their source may be a large duct. The size of the tumor is 0.6
cm-17.0 cm, and most have a maximum diameter > 2.0 cm. Ultrasonography reveals a mass with
unclear borders and uneven internal echo. Mammography shows high-density masses with unclear
boundaries and common calcifications. Preoperative examination is very important for auxiliary
diagnosis, especially molybdenum[9-11]. Unfortunately, this case lacks mammography target.
According to the limited case reports, in patients with PA, including those with malignant components
in PA, no axillary lymph node metastasis and distant metastasis have been reported. The prognosis of
this patient is also very good. From April 2020 to October 2021, no abnormalities were found. It is
suggested that patients should first undergo simple extended excision of breast masses and wait for
accurate pathological results. It is important to confirm that the margin is negative. If malignant tissue is
found, patients should be treated with modified radical mastectomy. Patients must be followed up after
the operation.

Differential diagnosis includes the following: (1) Fibroadenomas and phyllodes tumors, both of which
are fibroepithelial tumors, can have mucinous degeneration in the interstitium, and both have ductal
epithelial and myoepithelial double-layer structures. They can have a leaf-like structure, lack a cartilage-
like matrix, and ductal epithelium does not express CD117; (2) Mucinous breast carcinoma has only one
glandular epithelial component and lacks a myoepithelial component. Tumor cells are submerged in the
mucus produced by the epithelium; (3) Matrix-producing metaplastic carcinoma of the breast: Cancer
cells are atypical, with more frequent mitoses and necrosis, whereas PA cells lack atypia, mitoses are
rare, and there is no necrosis. PA has a double-layer cell arrangement structure, but matrix-producing
metaplasia carcinoma consists of only one type of epithelial cells showing a clustering tendency. Thick
needle biopsy specimens often only penetrate the mucinous interstitium of the cartilage, so special care
should be taken. Takahashi reported a case of breast PA diagnosed by thick needle biopsy[12]. He
emphasized that the cartilage mucus-like matrix cannot be observed alone, and it must be determined
whether there is a double layer of glandular epithelium and myoepithelial cells. Preoperative diagnosis
can avoid excessive radical breast cancer surgery; (4) Adenomyoepithelioma has a lack of cartilage
mucinous matrix; although it has a double-layer structure, its peripheral myoepithelium often has a
significant multilayer arrangement, and nuclear atypia and mitotic figures are more common than in
PA; and (5) PA that occurs in breast skin PA that occurs in breast skin may be misdiagnosed as PA that
occurs in breast parenchyma due to unknown medical history. Yang et al[13] reported a case of breast
skin PA with breast cancer[13]. Therefore, it is necessary to confirm the location of the lesion, and
carefully observe whether there is proper breast tissue around and within the lesion.

We report a case of malignant adenomyoepithelioma found in PA, which demonstrates that a breast
PA is a mixed tumor of variable morphology with multi-directional differentiation. Therefore, differ-
ential diagnosis is particularly important. Because of its rarity, especially in Asia, the biological charac-
teristics of breast PA remain unclear. It is believed that with the deepening of research at the molecular
level, understanding of this tumor will be enhanced.

CONCLUSION

PA of the breast is a mixed tumor with diverse morphology and ability to differentiate in many ways.
Because the clinical and imaging manifestations of PA are similar to those of breast cancer, cases are rare
and it is easy to misdiagnose it as breast cancer. Given that this is a rare disease, accurate diagnosis
through histopathological analysis is important to determine the treatment plan. According to the
limited case reports, in patients with PA, including those with malignant components in PA, no axillary
lymph node metastasis and distant metastasis have been reported. It is suggested that patients should
first undergo extended excision of breast masses followed by pathological examination. It is important
to confirm that the surgical margin is negative. If malignant tissue is found, modified radical
mastectomy should be performed. Patients must be followed up after the operation.
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