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Abstract  Case Report 

 

Background: Extra-uterine leiomyomatosis is a rare benign condition characterized by the proliferation of smooth 

muscle cells outside the uterus. Its clinical presentation is often misleading and may mimic malignant pelvic disease, 

particularly in patients with a history of uterine surgery. Case presentation: We report the case of a 59-year-old woman 

with a history of total hysterectomy performed 15 years earlier for uterine fibroids. She presented with chronic pelvic 

pain, constipation, and urinary symptoms. Imaging revealed a large, multinodular pelvic mass causing significant mass 

effect on adjacent organs. Laparoscopic exploration identified multiple disseminated leiomyomatous nodules within the 

pelvis. Complete surgical excision with bilateral adnexectomy was performed. Histopathological examination confirmed 

benign smooth muscle proliferation with no atypia, necrosis, or mitotic activity, and a low Ki-67 index. Conclusion: 

Extra-uterine leiomyomatosis should be considered in the differential diagnosis of pelvic masses in patients with a 

history of uterine surgery. Long-term follow-up is essential due to the risk of recurrence and the rare possibility of 

malignant transformation. 
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INTRODUCTION 
Uterine leiomyomas are the most common 

benign pelvic tumors in women, affecting approximately 

20% to 30% of patients over the age of 35 [1]. While they 

are typically located within the myometrium, the 

development of leiomyomas in extrauterine locations 

represents a rare and often diagnostically challenging 

entity [2]. 

 

Among these atypical presentations, so-called 

"parasitic" leiomyomas and pelvic leiomyomatosis are 

characterized by extrauterine growth and the acquisition 

of an autonomous neovascular supply from adjacent 

structures (e.g., omentum, peritoneum, and 

gastrointestinal tract) [2,3]. The emergence of such 

tumors several years after gynecological surgery, notably 

hysterectomy or myomectomy, is exceptionally rare but 

now well-documented, with an estimated incidence 

ranging from 0.12% to 1.25% [4,5]. This condition poses 

a substantial diagnostic challenge due to its frequently 

insidious onset and non-specific symptomatology [6]. 

 

Herein, we report a case of multisite 

extrauterine pelvic leiomyomatosis diagnosed 15 years 

after a laparoscopic hysterectomy, and we discuss its 

specific diagnostic and therapeutic considerations. 

 

CASE PRESENTATION 
A 59-year-old female patient with a history of 

Sjögren's syndrome presented with a surgical history of 

a laparoscopic total hysterectomy with ovarian 

conservation, performed 15 years prior for a 

symptomatic polymyomatous uterus. 

 

The clinical course began in 2022 with the onset 

of chronic pelvic pain and constipation, prompting an 

abdominopelvic computed tomography (CT) scan. The 

imaging revealed a polylobulated pelvic mass measuring 

11.7 × 9.5 × 11.0 cm, suggestive of extrauterine 

leiomyomatosis (Figure 1). Initial conservative 

management with active surveillance was elected. 

 

In 2025, the patient's symptomatology 

worsened, characterized by the onset of lower urinary 

tract symptoms, including dysuria and recurrent urinary 

tract infections. Pelvic magnetic resonance imaging 

(MRI) demonstrated a conglomerate of well-

circumscribed, T2-hypointense soft-tissue nodules 

measuring 12.0 × 9.5 × 12.0 cm. The mass exerted a 
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significant anterior mass effect on the bladder and 

posterior encasement of the rectum, with no radiological 

evidence of frank invasion (Figure 2). These imaging 

characteristics were highly suggestive of a benign 

etiology. 

 

Laparoscopic surgical exploration was 

subsequently performed. Intraoperative findings 

revealed nine disseminated myomatous masses within 

the pelvic cavity, causing bilateral compression and 

deviation of the sigmoid colon. Complete surgical 

excision was achieved, accompanied by a bilateral 

adnexectomy (Figure 3). The postoperative course was 

unremarkable. 

 

Histopathological examination confirmed a 

proliferation of well-differentiated smooth muscle cells, 

devoid of cellular atypia or tumor necrosis, with a Ki-67 

proliferation index of less than 1%. 

Immunohistochemical staining demonstrated strong 

positivity for desmin and caldesmon, confirming the 

benign smooth muscle origin of the tumor. 

 

 
Figure 1: Preoperative abdominopelvic computed tomography (CT) scan. The images demonstrate a large, polylobulated 

pelvic mass occupying the pelvic cavity (A: sagittal view; B and C: axial views) 

 

 
Figure 2: Pelvic magnetic resonance imaging (MRI) revealing a multisite extrauterine leiomyomatosis. A well-circumscribed 

conglomerate of T2-hypointense solid nodules is visualized, exerting a significant mass effect on adjacent pelvic structures (A: 

sagittal T2-weighted image; B and C: axial T2-weighted images) 
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Figure 3: Macroscopic appearance of the resected surgical specimen. The image displays the complete surgical extirpation, 

comprising nine distinct solid leiomyomatous tumors alongside the bilateral adnexa 

 

DISCUSSION  
Extrauterine leiomyomatosis encompasses a 

rare clinical spectrum of smooth muscle proliferations, 

including parasitic leiomyomas, disseminated peritoneal 

leiomyomatosis (DPL), and intravenous leiomyomatosis 

[1,2]. Although histopathologically benign, these entities 

are distinguished by their pseudo-malignant biological 

behavior, substantial recurrence potential, and 

propensity to mimic malignant pelvic malignancies [3]. 

 

The etiopathogenesis of this condition remains 

a subject of ongoing debate. The iatrogenic theory 

currently prevails, suggesting that extrauterine lesions 

arise from the dissemination and subsequent 

implantation of myomatous fragments during prior 

uterine surgeries, particularly those involving 

morcellation [4]. This hypothesis is strongly supported 

by the observation that the vast majority of affected 

patients have a history of gynecological surgery [5]. 

Nonetheless, documented cases occurring in the absence 

of prior surgical intervention suggest alternative 

mechanisms, such as coelomic metaplasia or the 

influence of hormonal and genetic factors [6]. In our 

patient, the prolonged latency period of 15 years between 

the hysterectomy and the onset of lesions strongly 

supports an iatrogenic origin characterized by slow, 

progressive tumor growth. 

 

Clinically, the presentation is frequently non-

specific and predominantly driven by the mass effect 

exerted by the pelvic tumors (e.g., chronic pelvic pain, 

gastrointestinal disturbances, or lower urinary tract 

symptoms); alternatively, it may be discovered 

incidentally during routine evaluations [7]. This 

insidious onset accounts for the frequent delays in 

definitive diagnosis. In certain instances, the extensive 

distribution of the disease can simulate peritoneal 

carcinomatosis, representing a major diagnostic pitfall 

[3,8]. 

 

Imaging plays a pivotal role in preoperative 

staging and evaluation. Recent data confirm that these 

lesions typically present as multiple, well-circumscribed, 

non-invasive, and homogeneous masses characterized by 

T2 hypointensity and moderate contrast enhancement 

[5]. While these radiological features highly suggest a 

benign etiology, they remain insufficient to definitively 

exclude a malignant process [9]. Conversely, the absence 

of frank invasion into adjacent pelvic organs serves as a 

critical radiological indicator favoring benignity [5]. 

 

The differential diagnosis primarily includes 

leiomyosarcoma, gastrointestinal stromal tumors 

(GISTs), and peritoneal carcinomatosis [9,10]. 

Consequently, histopathological and 

immunohistochemical analyses remain indispensable for 

definitive diagnosis. The criteria for benignity rely on the 

absence of cytonuclear atypia, tumor necrosis, and a low 

mitotic count, which are routinely complemented by a 

low Ki-67 proliferation index [11]. 

 

Regarding therapeutic management, complete 

surgical resection remains the gold standard of care 

[1,12]. This approach concurrently establishes the 

definitive diagnosis and mitigates the risk of disease 

recurrence. However, surgical intervention can be 

technically challenging due to the multifocal nature of 

the disease and its intimate anatomical relationship with 

adjacent pelvic structures. Meticulous dissection is 

mandatory to prevent iatrogenic gastrointestinal or 

urological complications. In the present case, a 

laparoscopic approach facilitated complete tumor 

extirpation despite the multisite extension, thereby 

confirming the feasibility of minimally invasive surgery 

when performed by experienced surgical teams. 

 

The hormone-dependent nature of these tumors 

is well-established, characterized by the high expression 

of estrogen and progesterone receptors [2]. 

Consequently, bilateral adnexectomy is strongly 
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recommended in postmenopausal patients or those with 

completed childbearing to minimize the risk of 

recurrence [12]. Medical therapies, specifically 

gonadotropin-releasing hormone (GnRH) analogs or 

aromatase inhibitors, may be utilized in cases of residual 

or unresectable disease [2]. More recently, targeted 

therapies, such as mechanistic target of rapamycin 

(mTOR) inhibitors (e.g., sirolimus), have demonstrated 

promising results in the management of recurrent or 

refractory forms [13]. 

 

Despite being classified as a benign entity, 

extrauterine leiomyomatosis exhibits an unpredictable 

biological course. Furthermore, the risk of recurrence 

persists even after achieved complete surgical resection, 

warranting strict, long-term clinical and radiological 

surveillance. 

 

CONCLUSION 
Extrauterine pelvic leiomyomatosis is a rare 

clinical entity that can manifest after a prolonged latency 

period following gynecological surgery. It should be 

included in the differential diagnosis of any 

progressively growing pelvic mass in patients with a 

history of uterine fibroids. 

 

Definitive diagnosis relies exclusively on 

histopathological analysis. Management is primarily 

surgical and must aim for the most complete 

cytoreduction possible. Given the inherent risk of 

recurrence, long-term surveillance is imperative. 

 

This case underscores the deceptive clinical 

nature of this pathology, its ability to mimic malignant 

neoplasms, and the critical importance of a tailored, 

expert surgical strategy. 

 

Highlights  

• Extra-uterine leiomyomatosis is a rare benign 

condition that can mimic malignant pelvic disease 

• Strong association with prior uterine surgery 

supports an iatrogenic origin 

• Imaging findings are suggestive but not sufficient 

for definitive diagnosis 

• Complete surgical excision is the cornerstone of 

treatment 

• Long-term follow-up is required due to recurrence 

risk 
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