

[image: image1]
Hair tourniquet syndrome leading to nipple autoamputation in an adult female: a case report












	
	TYPE Case Report

PUBLISHED 07 March 2025
DOI 10.3389/fsurg.2025.1531270






[image: image2]

Hair tourniquet syndrome leading to nipple autoamputation in an adult female: a case report

Alaa A. Alshurafa1,2* and Khaled Alshawwa1,3

1Research Department, Palestine Red Crescent Society, Gaza, Palestine

2Healthcare Workers Watch, Gaza, Palestine

3General Surgery Department, Faculty of Medicine, Al-Azhar University, Gaza, Palestine

EDITED BY
Hirotaka Suga, Teikyo University Mizonokuchi Hospital, Japan

REVIEWED BY
Guido Firmani, Sapienza University of Rome, Italy
Natsuko Kakudo, Kansai Medical University, Japan

*CORRESPONDENCE Alaa A. Alshurafa alaa.adham9.1@gmail.com

RECEIVED 20 November 2024
ACCEPTED 20 February 2025
PUBLISHED 07 March 2025

CITATION Alshurafa AA and Alshawwa K (2025) Hair tourniquet syndrome leading to nipple autoamputation in an adult female: a case report.
Front. Surg. 12:1531270.
doi: 10.3389/fsurg.2025.1531270

COPYRIGHT © 2025 Alshurafa and Alshawwa. This is an open-access article distributed under the terms of the Creative Commons Attribution License (CC BY). The use, distribution or reproduction in other forums is permitted, provided the original author(s) and the copyright owner(s) are credited and that the original publication in this journal is cited, in accordance with accepted academic practice. No use, distribution or reproduction is permitted which does not comply with these terms.


This is a unique case of hair thread tourniquet syndrome (HTTS) affecting the nipple of an adult female, leading to spontaneous autoamputation, a phenomenon rarely documented in the literature for this anatomical site. A 52-year-old woman presented with changes in the color and shape of her left nipple over two days, with a piece of hair wrapped around it. Despite hair removal, her symptoms worsened, ultimately resulting in necrosis and autoamputation of the nipple. Unlike most reported cases, which involve early intervention preventing severe ischemic damage, this case highlights the rare progression of HTTS to complete tissue loss. The necrotic portion was easily excised under local anesthesia. Awareness of this condition and prompt intervention are crucial to prevent severe complications in adult HTTS.
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Introduction

Hair tourniquet syndrome (HTTS) is a surgical emergency in which hair or textile thread strangulates body appendages, risking prolonged ischemia and tissue necrosis. If untreated, it may lead to autoamputation of the affected appendage. HTTS predominantly affects pediatric patients, typically involving the fingers, toes, or genitalia, but cases in adults are rare, risk factors include cognitive or psychiatric conditions (1, 2), circumcision in males (3), and telogen effluvium (4). This report presents an unusual case of HTTS involving the nipple in an adult female, leading to autoamputation; to our knowledge, such a case has not been previously reported. Written informed consent was obtained from the patient for publication of this case report and any accompanying images. This case report was prepared in accordance with the surgical case report (SCARE) guidelines to ensure the structured and transparent reporting of surgical cases (5).



Case presentation

A 52-year-old premenopausal female presented to our primary healthcare clinic with complaints of left nipple color and shape changes lasting for two days. The patient exhibited swelling, redness, and congestion of the left nipple. She reported seeing a piece of hair wrapped around the nipple, forming a constricting waist, which she claimed removed. Despite this, the symptoms persisted and escalated.

Key clinical concerns included significant swelling and congestion in the absence of pain, fever, discharge or other systemic symptoms. The patient had no personal or family history of breast disorders or any notable psychosocial disorders related to this presentation. She recalled previous episodes where hair wrapped around her nipple caused mild congestion and discoloration, which resolved immediately upon hair removal. However, despite hair removal, symptoms persist and escalate.


Examination and timeline of events

On Day 1, the patient noticed initial nipple congestion and attempted to remove her constricting hair; despite her efforts, her symptoms progressed, with increased swelling and color changes. Therefore, upon physical examination, the left nipple was enlarged, with significant redness and congestion, resembling an exophytic mass(shown in Figure 1) and she was referred to the general surgery clinic. On Day 6, owing to safety concerns and evacuation orders related to the war on Gaza, she was unable to access the surgery clinic; by the time she presented at the general surgery clinic, the left nipple had autoamputated, with the necrotic portion connected to the breast by a small stalk, producing malodorous discharge. Careful inspection by the surgeon revealed that the hair thread constricted the necrotic nipple (shown in Figures 2, 3) the right nipple remained normal, but it was noticeable that the patient had an obviously protruded nipple (shown in Figure 2).


[image: Figure 1]
FIGURE 1
Initial presentation showing a congested and swollen left nipple.
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FIGURE 2
Left nipple upon representation exhibiting necrotic changes connected by a thin stalk. Note the unusual prominence of the right nipple.
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FIGURE 3
Necrotic nipple after being completely excised. Note the presence of a hair thread (black arrow).


Both breast and axillary ultrasound were performed, which revealed completely normal findings, without any detectable masses, cysts or enlarged lymph nodes, despite the presence of visible external changes. The necrotic nipple was excised under local anesthesia using 2% lidocaine infiltration for adequate analgesia. Division of the necrotic part at the waist -made by the strangulating hair thread—was easily performed. Hemostasis was achieved with compression by a gauze for 5 min. The wound was irrigated with sterile saline then simple dressing and the specimen was planned to be sent for histopathological examination, but this was not possible because of a lack of functioning laboratories during the ongoing war in Gaza.

This case presented diagnostic challenges due to the lack of systemic symptoms such as pain or fever, as well as normal ultrasound findings despite the apparent necrosis of the nipple. The patient was diagnosed with necrosis of the left nipple, possibly secondary to ischemia induced by hair constriction.




Post-operative follow-up

Standard postoperative management guidelines were followed, including infection prevention strategies such as antibiotic prophylaxis with a first-generation cephalosporin and advice given for routine wound care with sterile dressings. Patients with similar conditions are typically advised to avoid mechanical irritation to the surgical site and to keep the wound dry for the first 48 h. In normal circumstances, follow-up is recommended within 7–10 days to assess wound healing and detect any signs of infection or dehiscence. However, due to the ongoing war-related evacuation, follow-up was not possible in this case.



Discussion

While HTTS is a known pediatric condition, it is rare in adults and has even fewer cases involving the nipple (6, 7). Recently, increasing numbers of HTTS cases in the adult population have been described in the literature (3, 8). The diagnosis of HTTS in adults, especially at unusual sites such as the nipple, can be complicated by normal systemic findings and minimal symptoms, as was observed here. Despite notable external changes, ultrasound imaging did not reveal underlying abnormalities. In such cases, reliance on thorough physical examination is critical when systemic or imaging indicators are inconclusive. The unique presentation in this case could be influenced by several factors. (1) Anatomical factors: The patient's pronounced nipple protrusion may have made her more susceptible to entanglement with stray hairs. (2) Hormonal influence: Premenopausal status and associated hormonal fluctuations might contribute to anatomical changes. However, previous literature has linked between hormonal changes that occurs during postpartum period and leads to telogan effluviu and perdiatric HTTS (4). (3) Environmental and social conditions: Living under challenging conditions in Gaza, where access to timely healthcare is limited, likely contributed to the delayed presentation and absence of adequate follow-up. For adult cases of HTTS, especially at nontypical sites, we recommend a high index of suspicion in cases presenting with appendage strangulation; even if symptoms are mild, thorough inspection for possible constricting agents, especially in cases with atypical locations or delayed presentation, and documentation of a protocol for similar cases could support clinicians in accurately diagnosing and managing rare presentations of HTTS, particularly in resource-limited settings.

Follow-up information was limited in this case because of ongoing challenges in accessing healthcare and disruption of healthcare system during the Gaza conflict. This limitation impacts the case's contribution to the literature, as details on healing progression or possible recurrence remain unknown. Although psychosocial factors were ruled out in this case, conditions such as trichotillomania or other behavioral components should be considered for similar presentations (2, 9). Self-attempted hair removal by the patient could indicate an underlying behavioral pattern, although this was not explored further because of the collapse of the healthcare system. The inability to conduct a histopathological examination restricted the diagnostic depth of this case. Without this, uncertainty remains regarding the full scope of contributing factors. Differential diagnoses, including exophytic tumors and trauma-related necrosis, were considered, but HTTS remains the most plausible explanation given the clinical presentation. Future cases would benefit from including histopathology to eliminate differential diagnoses and better understand the impact of constrictive injuries on specific tissue types.

Nipple-areola reconstruction (NAR) plays an essential role in restoring symmetry and aesthetics following nipple loss. These methods include nipple sharing, local flaps, augmentation grafting using autologous or heterologous materials, prosthesis or 3D tattoos, The starting point should take into consideration laterality. When nipple reconstruction is unilateral, the contralateral side should be used as template. When the unaffected nipple has a projection >1 cm, consider using nipple sharing, otherwise use local flaps (10). We believe nipple sharing would have been the best approach to our patient, because this method can ameliorate the projection of the right nipple, lowering the chance of fewer incidence of similar condition. However, these procedures are currently inaccessible in Gaza due to limited surgical resources amid the ongoing conflict. The patient was informed of future reconstruction options, contingent on improved healthcare availability.



Conclusion

This case underscores the importance of early identification and management of HTTS, even in adult patients and at atypical sites. Given the challenges posed by diagnostic limitations and resource constraints in conflict zones, there is a need for heightened clinical vigilance and adaptability in such cases. Increased awareness among clinicians and a structured diagnostic protocol could improve outcomes for adult HTTS patients, particularly those presenting at unusual sites such as the nipple.
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