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Abstract:

Introduction: adenoid cystic carcinoma of the breast is a rare lesion among breast carcinomas, representing less than 0.1%
of breast cancer cases. Generally indolent behavior with rare lymph node involvement and metastases.

Case Report:

76-year-old patient complaining of a lump in her right breast that had appeared 8 months ago. Ultrasonography showed a
heterogeneous image of 3.9/2.4/3.7cm. On palpation, there was an 8cm nodule and mobile and fibroelastic axillary lymph
nodes. A core needle biopsy was performed with an anatomopathological result of triple-negative grade 2 adenoid cystic
carcinoma. Screening demonstrated two 1.1cm pulmonary nodules with soft tissue density suggesting metastasis.
Abdominal tomography demonstrated liver nodules suggestive of secondary implants. The PET scan confirmed uptake in
the lung and liver nodules, in addition to lytic lesions in S3. Liver biopsy confirmed implantation of adenoid cystic
carcinoma. Chemotherapy was started with a regimen of Carboplatin, Paclitaxel and Pembrolizumab. After the third cycle
of chemotherapy, the breast was reevaluated without showing any tumor reduction. The metastases also did not show
regression, and treatment was interrupted. The patient evaded the service until January 2024, when he returned complaining
of pain in the right hip and difficulty walking. Chest and hip tomography showed an increase in lung lesions and the
appearance of lytic metastasis in the iliac bone. The patient refused to undergo radiotherapy and in May 2024 she developed
liver failure and death.

Discussion:

In the metastatic setting, the regimens of choice are based on anthracyclines and taxanes with reports of little response. Our
report aims to contribute to the introduction of a new group of drugs (pembrolizumab) associated with the standard taxane
regimen, demonstrating that this type of tumor really has a difficult response to chemotherapy agents and that there is little
that can be done in the setting of multiple metastases.
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Introduction

Adenoid cystic carcinoma of the breast is a rare lesion among breast
carcinomas, representing less than 0.1% of breast cancer cases [1].
Generally indolent behavior with rare lymph node involvement and
metastases [2].

It predominantly affects the subareolar region of the breast in 50% of
cases (3). Most are triple-negative tumors with basal-like characteristics,
but have low Ki67 values, generally less than 20[2,3]. Unlike triple-
negative tumors, triple-negative cystic adenoids have an excellent
prognosis when confined to the breast. They present an epithelial and
myoepithelial component similar to salivary gland tumors. They have
architectural differentiations that are tubular-trabecular, cribriform and
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solid [4]. Its main symptom at presentation is a palpable lump, rarely
associated with breast pain [5,6]. Treatment mostly depends on the size
of the lesion. Conservative surgery is indicated in cases of tumors that can
be excised with free margins and mastectomy in cases of larger tumors
with disproportion in the tumor/breast ratio. The axillary approach is
generally not necessary and is indicated in cases of grade 2 or grade 3
tumors, in which there is a 2% chance of axillary involvement [7,8], with
dissection of the sentinel lymph node being appropriate. Post-operative
radiotherapy is a complementary treatment required in cases of
conservative surgery to reduce the chances of local recurrence, which are
common throughout the first 10 years of follow-up [9,10]. Adjuvant
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chemotherapy is mostly unnecessary because it is an indolent tumor, and
no gain in overall or disease-free survival has been demonstrated with the
addition of chemotherapy [6]. There are reports in the literature from
experts that indicate adjuvant chemotherapy in cases of tumors with
axillary involvement, grade 3 tumors and tumors larger than 3cm [6,11].

Due to its rarity and peculiar characteristics, there is much to be learned
about biological behavior, carcinogenesis and the best way to treat it. In
the absence of clinical trials involving this histological type, case reports
become important in acquiring knowledge to optimize treatments.

Case report:

Female patient, black, 76 years old, G3P3, complaining of a lump in the
right breast that had appeared 8 months ago. He has a history of admission
to the intensive care unit 10 months ago due to an ischemic stroke,
presenting left hemiparesis. Presents hypertension, hypothyroidism and
dyslipidemia. Family history of father with prostate cancer. He presents
sclerocalcification in the mitral and aortic valve on the echocardiogram.
He  presented clinical signs of an initial  dementia
process.Ultrasonography showed a heterogeneous image of 3.9/2.4/3.7cm
in the union of the upper quadrants of the right breast, axillary lymph
nodes with proportionality between cortex and hilum bilaterally Bl-
RADS 4 B BI-RADS 4 B.
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On palpation, there was an 8cm nodule in the right breast and mobile and
fibroelastic axillary lymph nodes. There were no palpable nodules in the
cervical or supraclavicular region bilaterally. A core needle biopsy was
performed with an anatomopathological result of triple-negative grade 2
adenoid cystic carcinoma. Staging demonstrated two 1.1cm pulmonary
nodules with soft tissue density suggesting metastasis. Abdominal
tomography demonstrated liver nodules suggestive of secondary
implants. The PET scan confirmed uptake in the lung and liver nodules,
in addition to lytic lesions in S3. Liver biopsy confirmed implantation of
adenoid cystic carcinoma. The patient was staged as T2NOML.
Chemotherapy was started with a regimen of Carboplatin, Paclitaxel and
Pembrolizumab. After the third cycle of chemotherapy, the breast was
reevaluated without showing any tumor reduction. The metastases also
did not regress, and treatment was interrupted. The patient evaded the
service until he returned in January 2024 complaining of pain in his right
hip and difficulty walking. Chest and hip tomography showed an increase
in lung lesions and the appearance of lytic metastasis in the iliac bone
(figure 1, 2, 3).

At this point the breast was reevaluated with ultrasound showing a small
tumor evolution from 3.9cm in largest diameter to 4.3cm. The patient
refused to undergo radiotherapy and in May 2024 she developed liver
failure and death.

Figure 1:

Figure 2:
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Figure 5:

Discussion:

This case describes a rare metastatic involvement of an adenoid cystic
tumor of the breast that did not present axillary involvement. In the
literature, the possibility of metastatic involvement without the necessary
axillary involvement in this type of tumor is described [12,13]. The main
site of metastasis involvement is the lung and few cases are described in

the literature with involvement of multiple organs as in our case [14].
Auctores Publishing LLC — Volume 23(3)-550 www.auctoresonline.org
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Due to the rarity of metastatic involvement of adenoid cystic carcinoma,
treatments are based on experiences with cystic adenoids of the salivary
gland. For metastatic disease, vinorelbine, doxorubicin, and 5-
fluorouracil have been used. Mitoxantrone was used in a breast metastatic
study obtaining stability of lung metastases [8]. There is no established
recommendation in cases of advanced disease. The use of chemotherapy
based on doxorubicin and taxanes, the basic regimen for breast cancer,
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was applied in cases of metastatic disease with variable results of stable
disease, progressive disease and partial response [14]. Currently, in
salivary gland tumors, the expression of Trop-2 (Trophoblast Cell Surface
Antigen 2) has raised the possibility of using Trop-2 inhibitors also for
breast disease. Thus, sacituzumab govitecam has been described as a
possibility in metastatic triple-negative disease as an antibody drug
conjugate with action against TRop-2 and an antitopoisomerse 1 drug
conjugate [15].

Our patient was categorized as grade 2 because she had a solid component
in less than 30% of the tumor extension. Despite being a grade 2 tumor,
it is a case of severe presentation with multiple foci of metastases,
corroborating the idea of Arpino et al to categorize these tumors into low
grade and high grade. Due to this idea of classification, our tumor would
fit into a high-grade tumor in which a worse prognosis is described, when
it presents basal cell characteristics. The literature describes that the larger
the solid component, the worse the patient's prognosis [12]. Local
treatment was not planned as the patient had multiple foci of metastases.
In these cases, metastasectomy would not be indicated, with
chemotherapy being the standard treatment [14].
Our patient died within 1 year after diagnosis, in line with reports of
survival in 5, 10 and 15 years of 98.1%, 94.1% and 91.4%, respectively
[3,16,17]. The literature describes stability of tumor size for 1 to 2 years,
corroborating our case in which the tumor was practically stable during 1
year of follow-up [13]. There are cases in the literature of slow tumor
growth over a period of 9 years in a patient who denied treatment [13]. A.
heterogeneous image presentation on ultrasound is compatible with the
aspect described in the literature [13].

the mortality rate described is 3.3% [2], being a tumor with an excellent
prognosis, showing rare cases of evolution with metastases, with
treatment being based on local excision with margins, radiotherapy,
sentinel dissection in tumor chaos high-grade, without the need for
chemotherapy [18]. Our case goes completely against the evolution of
adenoid cystic tumor, showing a case of presentation with multiple
metastases and death within 1 year, despite the use of a standard regimen
for advanced triple-negative tumors. This lack of response demonstrates
that this tumor responds poorly to chemotherapy regardless of the
regimen used and despite being a triple-negative tumor, it behaves
differently from triple-negative tumors in terms of the performance of
pembrolizumab and platinum.

Conclusion:

We conclude that despite cystic adenoids being an indolent tumor, in
cases of metastatic presentation there is difficulty in the chemotherapy
approach, with low response even with the addition of new chemotherapy
regimens.

Disclaimers:
no conflict of interest in this case description
References:

1. Ghabach, B. et al (2010). Adenoid cystic carcinoma of the
breast in the United States (1977 to 2006): a population-based
cohort study. Breast Cancer Research, v. 12, n. 4, 23 jul.

Auctores Publishing LLC — Volume 23(3)-550 www.auctoresonline.org
ISSN: 2690-4861

10.

11.

12.

13.

14.

15.

16.

17.

18.

Copy rights@ Jussane Oliveira Vieira.

Arpino, G. etal. (2002) Adenoid cystic carcinoma of the breast.
Cancer, v. 94, n. 8, p. 2119-2127, 15 abr.

Zhang, M. et al (2022). Breast adenoid cystic carcinoma: a
report of seven cases and literature review. BMC Surgery, v.
22,n.1, 24 mar. 2022.

Bhutani, N.;Pradeep Kajal; Singla S. (2018). Adenoid cystic
carcinoma of the breast: Experience at a tertiary care centre of
Northern India. International Journal of Surgery Case Reports,
v. 51, p. 204-209, 1 jan.

SKashiwagi, S., Asano Y., Ishihara S., Morisaki T., Takashima
T., etal (2019)., Adenoid cystic carcinoma of the breast: a case
report, Case Rep. Oncol. 12 (3) 698-703.

MIRZA RAMEEZ SAMAR et.al (2023). Breast adenoid cystic
carcinoma: An uncommon neoplasm- Case report. International
Journal of Surgery Case Reports, v. 107, p. 108333-108333, 1
jun.

Canyilmaz, E. et al (2014). Adenoid cystic carcinoma of the
breast: A case report and literature review. Oncology Letters, v.
7,n.5, p. 1599-1601, 6 mar.

Mhamdi H. A. et al (2017). Adenoid cystic carcinoma of the
breast — an aggressive presentation with pulmonary, kidney,
and brain metastases: a case report. Journal of Medical Case
Reports, v. 11, n. 1, 29 out.

J.Y. Sun., S.G. Wu, S.Y. Chen, F.Y. Li, H.X. Lin, Y.X. Chen,
et al. (2017), Adjuvant radiation therapy and survival for
adenoid cystic carcinoma of the breast, Breast. 31 214-218.
[11] A

Gomez-Seoane, A. Davis, T. Oyasiji, (2021). Treatment of
adenoid cystic carcinoma of the breast: is postoperative
radiation getting its due credit? Breast. 59) 358—366.
Boujelbene N. et al (2012). Clinical review — Breast adenoid
cystic carcinoma. The Breast, v. 21, n. 2, p. 124-127, abr.
Pia-Foschini (2003). Salivary gland-like tumours of the breast:
surgical and molecular pathology. Journal of Clinical
Pathology, v. 56, n. 7, p. 497-506, 1 jul.

Glazebrook K. N. et al (2010). Adenoid Cystic Carcinoma of
the Breast. American Journal of Roentgenology, v. 194, n. 5, p.
1391-1396, maio.

Rypel, J. et al (2023). Locally Advanced Adenoid Cystic
Carcinoma of the Breast—A Case Report with a Review of the
Literature. Medicina, v. 59, n. 11, p. 2005-2005.

Bardia, A. et al (2021). Sacituzumab Govitecan in Metastatic
Triple-Negative Breast Cancer. New England Journal of
Medicine, v. 384, n. 16, p. 1529-1541.

Ghabach B. et al (2010). Adenoid cystic carcinoma of the breast
in the United States (1977 to 2006): a population-based cohort
study. Breast Cancer Research, v. 12, n. 4, 23 jul.

Wen Bin Gou et al (2024). Solid basal adenoid cystic carcinoma
of the breast: A case report and literature review. Medicine, v.
103, n. 3, p. e37010-e37010, 19 jan.

Miyai, K (2014). Adenoid cystic carcinoma of breast: Recent
advances. World Journal of Clinical Cases, v. 2, n. 12, p. 732.

Page 4 of 5


https://link.springer.com/article/10.1186/bcr2613
https://link.springer.com/article/10.1186/bcr2613
https://link.springer.com/article/10.1186/bcr2613
https://acsjournals.onlinelibrary.wiley.com/doi/abs/10.1002/cncr.10455
https://acsjournals.onlinelibrary.wiley.com/doi/abs/10.1002/cncr.10455
https://link.springer.com/article/10.1186/s12893-022-01560-9
https://link.springer.com/article/10.1186/s12893-022-01560-9
https://link.springer.com/article/10.1186/s12893-022-01560-9
https://www.sciencedirect.com/science/article/pii/S2210261218303353
https://www.sciencedirect.com/science/article/pii/S2210261218303353
https://www.sciencedirect.com/science/article/pii/S2210261218303353
https://www.sciencedirect.com/science/article/pii/S2210261218303353
https://karger.com/cro/article/12/3/698/89707
https://karger.com/cro/article/12/3/698/89707
https://karger.com/cro/article/12/3/698/89707
https://www.sciencedirect.com/science/article/pii/S2210261223004625
https://www.sciencedirect.com/science/article/pii/S2210261223004625
https://www.sciencedirect.com/science/article/pii/S2210261223004625
https://www.sciencedirect.com/science/article/pii/S2210261223004625
https://www.spandidos-publications.com/ol/7/5/1599
https://www.spandidos-publications.com/ol/7/5/1599
https://www.spandidos-publications.com/ol/7/5/1599
https://link.springer.com/article/10.1186/s13256-017-1459-0
https://link.springer.com/article/10.1186/s13256-017-1459-0
https://link.springer.com/article/10.1186/s13256-017-1459-0
https://link.springer.com/article/10.1186/s13256-017-1459-0
https://www.sciencedirect.com/science/article/pii/S096097761630251X
https://www.sciencedirect.com/science/article/pii/S096097761630251X
https://www.sciencedirect.com/science/article/pii/S096097761630251X
https://www.sciencedirect.com/science/article/pii/S096097761630251X
https://www.sciencedirect.com/science/article/pii/S0960977621004306
https://www.sciencedirect.com/science/article/pii/S0960977621004306
https://www.sciencedirect.com/science/article/pii/S0960977621004306
https://www.sciencedirect.com/science/article/pii/S0960977611004048
https://www.sciencedirect.com/science/article/pii/S0960977611004048
https://jcp.bmj.com/content/56/7/497.short
https://jcp.bmj.com/content/56/7/497.short
https://jcp.bmj.com/content/56/7/497.short
https://ajronline.org/doi/abs/10.2214/AJR.09.3545
https://ajronline.org/doi/abs/10.2214/AJR.09.3545
https://ajronline.org/doi/abs/10.2214/AJR.09.3545
https://www.mdpi.com/1648-9144/59/11/2005
https://www.mdpi.com/1648-9144/59/11/2005
https://www.mdpi.com/1648-9144/59/11/2005
https://www.nejm.org/doi/abs/10.1056/NEJMoa2028485
https://www.nejm.org/doi/abs/10.1056/NEJMoa2028485
https://www.nejm.org/doi/abs/10.1056/NEJMoa2028485
https://link.springer.com/article/10.1186/bcr2613
https://link.springer.com/article/10.1186/bcr2613
https://link.springer.com/article/10.1186/bcr2613
https://journals.lww.com/md-journal/fulltext/2024/01190/solid_basal_adenoid_cystic_carcinoma_of_the.7.aspx
https://journals.lww.com/md-journal/fulltext/2024/01190/solid_basal_adenoid_cystic_carcinoma_of_the.7.aspx
https://journals.lww.com/md-journal/fulltext/2024/01190/solid_basal_adenoid_cystic_carcinoma_of_the.7.aspx
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4266822/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4266822/

Clinical Case Reports and Reviews.

This work is licensed under Creative
BY Commons Attribution 4.0 License
To Submit Your Article, Click Here: Submit Manuscript

DOI:10.31579/2690-4861/550

Auctores Publishing LLC — Volume 23(3)-550 www.auctoresonline.org
ISSN: 2690-4861

Copy rights@ Jussane Oliveira Vieira.

Ready to submit your research? Choose Auctores and benefit from:

fast, convenient online submission

rigorous peer review by experienced research in your field
rapid publication on acceptance

authors retain copyrights

unique DOI for all articles

immediate, unrestricted online access

YV VY VVY

At Auctores, research is always in progress.

Learn more https://auctoresonline.org/journals/international-journal-of-
clinical-case-reports-and-reviews

Page 5 of 5



file:///C:/C/Users/web/AppData/Local/Adobe/InDesign/Version%2010.0/en_US/Caches/InDesign%20ClipboardScrap1.pdf
https://auctoresonline.org/submit-manuscript?e=66
https://auctoresonline.org/journals/international-journal-of-clinical-case-reports-and-reviews
https://auctoresonline.org/journals/international-journal-of-clinical-case-reports-and-reviews

