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Background: Few cases with fistulous communication between the GI system and female

adnexal structure have been reported in the literature, and bilateral contrast spillage has been

reported only in one case, and this case is the second one all over the world.

Case Presentation: The case was a 27-year-old woman with a diagnosis of primary infertility.

She was booked with hysterosalpingogram (HSG) as part of the routine workup in the infertility

clinic. There was a positive history of pelvic surgery for bilateral adnexal cysts for her in 2014. In

this case, previous pelvic surgery without any medical problems was the strongest risk factor for

tubo-intestinalfistula. Cystectomyperformed for the left adnexal cyst and the right adnexal cystwas

only drained. The pathologic report for the left ovarian cyst was endometriosis. HSG result showed

evidence of bilateral fallopian tube opacification with contrast outlining from the fallopian tubes.

Contrast leakage happened to the adjacent small intestine in the right side and peritoneal cavity on

the left side.

Conclusion: Fistulous connections between fallopian tube and intestine will remain an excep-

tional rarity. The reported case could be a good lesson illustrating that the adherence to general

surgical principles (meticulous hemostasis, careful applying of diathermy, etc.) and a watchful

postoperative care could protect the patient from both usual and unusual complications.
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Background
Fistulous between the GI system and female adnexal structure rarely occurs. The rarity

of this condition is reflected in the fact that only 50 cases have been reported until this

date in the literature about tubo-intestinal fistulas.1 Also, the HSG feature of bilateral

contrast leaking from fallopian tubes is reported only in one case from Saudi Arabia in

2012.2 Our case is the second one reported until this date with bilateral contrast leakage

from fallopian tubes in all over the world.3–5 Hysterosalpingogram (HSG), a common

radiological examination, is routinely used in the investigation of infertility and sub-

fertility in women. The proximity of the uterus to adjacent pelvic structures results in

various types of pelvic fistulas after pelvic disease, pelvic radiation therapy, and pelvic

surgery. Because of the proximity of the female reproductive organs with other pelvic

organs, fistulation can occur between the ureter and small or large bowels resulting in

vesicovaginal, vesicouterine, vesicoenteric, ureterovaginal, ureteroenteric and utero-

vaginal fistulas.6–8 A wide variety of complaints in a woman are investigated for

infertility suspected with fistulization. This ranges from the asymptomatic to the history

of cyclic hematuria, and discharge of urine, feces, foul-smelling secretions, or air

through unfamiliar orifices with perineal dermatitis.9–11 Regarding this fact that endo-

metriosis a leading cause of infertility, endometriosis has a prevalence of 0.5–5%

infertile and 25–40% in infertile women. The optimal choice of management for
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endometriosis-associated infertility remains unclear.

Removal or suppression of endometrial deposits by medical

or surgical ways constitutes the basis of endometriosis

management.12

Ethics Approval
This study, approved by the Medical Ethics Committee of

Urmia University of medical sciences, Urmia, Iran, is in

accordance with the Declaration of Helsinki (approval

number: IR. UMSU. REC. 9742).

Consent for Publication
The written informed consent was obtained from patient

for publication and included publication of the images.

Case Presentation
A 27-years-old female presented to Motahari University

Hospital infertility clinic with primary infertility for 4

years in 2017. She had been referred to the infertility clinic

from 1 year after her marriage. The patient had a history of

dysmenorrhea and dyspareunia without any unusual bowel

disease. Family history for any disease including tubercu-

losis was negative. Also, her sister had married for 2 years

and had a healthy child at the time of presentation. She had

a history of laparotomy 3 years ago for left ovarian

cystectomy in 2014. A pathologic report for cystectomy

was endometriosis. In the post-operation course (2014–

2017) she was admitted several times without any medical

problem in our infertility clinic. Physical examination

Figure 1 Hysterosalpingography shows bi-salpingeal contrast leakage.

Behrouzi-Lak et al Dovepress

submit your manuscript | www.dovepress.com

DovePress
International Medical Case Reports Journal 2020:13222

Powered by TCPDF (www.tcpdf.org)

http://www.dovepress.com
http://www.dovepress.com


revealed a healthy female with no relevant abnormal gen-

eral or local genital physical findings apart from the scar of

previous Pfannenstiel incision. Her husband was clinically

normal and all investigations for malefactors of infertility

were normal. The last Hysterosalpingogram (HSG) per-

formed under normal sterile procedures using non-ionic

contrast (iohexol 300 mg). Following initial injection of

about 8 mL of contrast, normal endometrium outline with

no filling defect, contrast filled both tubes till fimbrial ends

but contrast joined small intestine on the right side and

leaked to the peritoneal cavity in the left side (Figure 1).

The biochemistry assays revealed a negative result for

HIVAb (ELISA). Tissue specimens for tuberculosis inves-

tigation were collected by biopsy but the report was nega-

tive. The following of the patient was continued.

After consultation with the patient and her husband, she

opted for fistula resection. This carried out successfully by

our general surgery department in imamKhomeini university

hospital. Closure of enteric fistula performed under general

anesthesia in the supine position with lower midline lapar-

otomy incision. Laparotomy revealed many adhesion bands

and debris in the pelvic region with fistulous communication

between Ileum (60 cm to Ileocecal valve) and right fallopian

tube. On the left side, there wasmuch suppurative debris with

the destructed tube. Because of strong intestine adhesions to

the right fallopian tube, involved segment resected and pri-

mary anastomosis performed by our teammates. Finally,

because of this strong adhesion and destructed tubes bilateral

salpingectomy performed by obstetrics and gynecology

teammates. She follows up for infertility problems in an

infertility clinic.

Discussion
Salpingo enteric fistula is a very rare disease. It possibly

occurs in post-operative or post-inflammatory conditions

(mainly adnexal tuberculosis).1 Our case had a pelvic surgery

history in 2014 and probably that is the main predisposing

factor for tubo-intestinal fistula. Only a few case reports were

found describing salpingoenteric fistulas, and only one of

them was bilateral fistulae that reported in Saudi Arabia in

2012. Patients with salpingoenteric fistula may be asympto-

matic as appeared in our case and reported cases.2 When

symptoms present, they are usually related to an underlying

disorder, such as tuberculosis, endometriosis, pelvic inflam-

matory disease or appendicitis. Other possible causes of this

rare type of fistula include Crohn’s disease and colon diver-

ticulosis. While the rectum and bladder are some of the more

common sites of fistula formation in Crohn’s disease, the

fallopian tube is extremely rare.3 Fistulae to the fallopian

tubes are rare, so their management is not well defined. It is

suggested fistula closure with salpingectomy is an efficient

procedure to treat this disease and to prevent the ectopic

pregnancy.13–16 In fistulae resulting from Crohn’s disease

and complicated diverticulitis, en-bloc fistula resection with

salpingectomy is also recommended.3–5

Conclusions
Salpingo enteric fistulae as a rare and silent disease can

induce infertility. The use of hysterosalpingography as

a complementary modality for the investigation of inferti-

lity is again strengthened.2 A typical feature of hysterosal-

pingography confirms the diagnosis. This differential

diagnosis should always be kept in mind when such hys-

terosalpingography findings appear due to the increasing

number of tuberculosis cases secondary to HIV infection

in developed countries and developing countries whereas

tuberculosis is endemic.1 The availability and accessibility

to assisted reproductive technology will help this type of

patient achieve a successful pregnancy. Finally, the

reported case could be a good lesson illustrating that the

adherence to general surgical principles (meticulous

hemostasis, careful application of diathermy, etc.) and

a watchful postoperative care could protect the patient

from both usual and unusual complications.

Abbreviations
HSG, hysterosalpingogram; GI, gastrointestinal.
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