Roarw

MEDICAL JOURNAL

Barw Medical Journal | 2023;1(2):49-53
Journal home page: https://barw.krd/index.php/BMJ

Systematic Review

Non-Sacrococcygeal Pilonidal Sinus: A Systematic Review of a
Growing Rare Disease

Ranj A. Hasan'", Fakher Abdullah?, Bokan Talib Saeed!

1. University clinic of Urology, Klinikum Herford, Germany
2. Kscien Organization for Scientific Research (Europe office), Verboomstraat 175b, 3082 jj Rotterdam, Netherlands

* Corresponding author: ranj.hasan@klinikum-herford.de (R.A. Hassan). Auf dem Dudel 53, 32049 Herford

W) Check for updates

Keywords:

Atypical

Pilonidal sinus

PNS
Non-Sacrococcygeal
Sacrococcygeal

Received: May 1, 2023
Revised: May 19, 2023
Accepted: June 2, 2023
First Published: June 12, 2023

Copyright: © 2023 Hasan et al. This is an open
access article distributed under the terms of the
Creative Commons  Attribution License
(https://creativecommons.org/licenses/by/4.0/),
which permits unrestricted use, distribution,
and reproduction in any medium, provided the
original author and source are credited.

Citation: Hasan RA, Abdullah F, Saeed BT.
Non-Sacrococcygeal Pilonidal Sinus; A Rare
but Growing Disease: A Systematic Review.
Barw Medical Journal. 2023;1(2):49-53.
https://doi.org/10.58742/bmj.v1i2.39

Abstract

Introduction

Clinical courses and management options for non-sacrococcygeal pilonidal sinus
diseases have never been agreed on by the experts. The aim of this review is to collect,
analyze, present, and discuss the management of pilonidal sinuses occurring in the body
other than the sacrococcygeal regions.

Methods

PubMed/MEDLINE, Web of Science, Cochrane Library, and EMBASE and Google
Scholar were explored for the related keywords. The inclusion criteria included those
articles that mentioned at least the presentation and management of non-sacrococcygeal
pilonidal sinuses. The collected data were re-analyzed (meta-data) and presented in the
form of tables for a few variables and others were presented without analysis (review
data).

Results

In 56 studies, 447 cases of non-sacrococcygeal pilonidal sinuses were found. About 367
(82%) were male. The mean age of presentation was 24.66 ranging from 8 to 70 years.
The most prevalent site was the umbilicus (390 cases; 87.2%) followed by the
mammary region (17 cases; 3.8%). The most prevalent clinical presentation of
umbilical pilonidal sinus was swelling, discharge, and pain (83%). Only discharge was
found in 20% and in 1.5% of the cases associated with bleeding. The most common
management modality (187, 47.9%) was hair removal with regular dressing.

Conclusion

Non-sacrococcygeal pilonidal sinus is a rare variant of the disease. Among them,
umbilical pilonidal sinus is the most prevalent one. Swelling, discomfort, and discharge
are the usual presenting symptoms. Non-sacrococcygeal PNDs are managed by
excision and primary suturing apart from umbilical PND which is usually treated by
conservative measures.

1. Introduction

sacrococcygeal region of those persons with prolonged sitting
like the drivers [4]. Several techniques have been practiced as a

Pilonidal sinus disease (PND) is an inflammatory condition that
originated from hair penetration into the epidermis. In this
condition, a blind tract will be formed which is lined by
granulation tissues [1]. The clinical signs are the same spectrum
of signs and symptoms of inflammation including pain, hotness,
erythema, and tenderness, sometimes it presents as an
intermittent purulent discharge [2, 3]. Usually, it appears in the

management strategy of PND. These include removal of the
hairs and cotton-like dirties in outpatient clinics and excision
with or without flaps. General, regional, or local anesthesia has
been used in the intervention [5]. Recently, non-operative
management has been increasingly discussed in the literature
[6]. Several non-sacrococcygeal PNDs have been reported in the
literature including small case series and case reports [5, 7, 8].
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This type of PNS is sometimes misdiagnosed as another disease
[9]. Clinical courses and management options for non-
sacrococcygeal PND have never been agreed on by the experts.
The aim of this review is to collect, analyze, present, and discuss
the management of PND occurring in the body other than the
sacrococcygeal regions.

2. Methods
2.1. Study design

This study was a systematic review of the studies focusing on
the treatment of Non-Sacrococcygeal Pilonidal Sinus. It was
conducted in accordance with the PRISMA 2020 guidelines.

2.2. Data sources and search strategy

PubMed/MEDLINE, Web of Science, Cochrane Library,
EMBASE and google scholar were explored for the following
keywords: pilonidal sinus(es) of wunusual area, non-
sacrococcygeal pilonidal sinus(es), and atypical pilonidal
sinus(es).

2.3. Eligibility criteria

The inclusion criteria included those articles that mentioned at
least the presentation and management of non-sacrococcygeal
PND.

2.4. Study selection and data items

The collected data were re-analyzed (meta-data) and presented
in the form of tables for a few variables and others were
presented without analysis (review data). Those articles that
have been published by predatory journals were excluded.
Predatory journals and publishers have been defined according
to Kscien’s list [10].

2.5. Data analysis and synthesis

The Statistical Package for the Social Sciences software (version
25) was utilized to analyze the data qualitatively (descriptive
analysis). The data were represented as frequencies, and
percentages.

3. Results

The search found 245 items. From these studies, 63 articles were
excluded by the titles as they were duplicate or unrelated papers.
Another 95 articles were excluded from the study as they did not
meet the inclusion criteria. Twenty-nine articles were excluded
because of missing data, and 2 articles were excluded because
of being published by predatory journals (figure 1). In 56
studies, 447 cases of non-sacrococcygeal PND were found.
About 367 (82%) were male. The mean age of presentation was
24.66 ranging from 8 to 70 years. The most prevalent non-
sacrococcygeal site of PND was the umbilicus (390 cases;
87.2%) followed by the mammary region (17 cases; 3.8%).
Table 1 reveals the frequency and sites of non-sacrococcygeal
PND.

The most prevalent clinical presentation of umbilical PND was
swelling, discharge, and pain (83%). Only discharge was found
in 20% and in 1.5% of the cases associated with bleeding. The
most common management modality (187, 47.9%) was hair
removal with regular dressing. This was done with or without
anesthesia. Otherwise, operative umbilectomy which was
performed under general anesthesia had a 2% recurrent rate.
Interdigital and hand PNDs presented with a discharging sinus
in (80%) of the cases. This is usually managed by excision under
general anesthesia. Scalp PNDs presented with scalp nodules.
Craniotomy was indicated in one case, the remaining patients
were managed by excision and direct closure. Patients with
intermammary PNDs had pain and discharge and were managed
by excision, followed by primary repair. Discharge and pain on
defecation were the hallmarks of perineal PND. It was managed
with surgical drainage and left open for secondary healing.
Abscess formation was found in penile PND, it was managed by
excision and direct closure. Clitoris PND in female patients
presented with pain and swelling and pain. Treatment included
excision and direct closure. Swelling and discharge were also
found in prepuce PND. They were managed with excision and
direct closure.

4. Discussion

Several risk factors have been proposed for umbilical PND,
these included male gender, young age, hairiness, and poor
hygiene. The presentations of umbilical PND include pain,
purulent discharge, umbilical mass, and bloody discharge [10].
The current review confirmed these findings.

Non-operative management has a minimal role in
sacrococcygeal PND (sPND) and it needs excision with either
primary closure or leaving the wound for secondary healing [1].
However, PND involving the umbilical region can be fruitfully
managed by conservative measures including hair removal and
daily dressings [3-5,8-16]. This may not need even local
anesthesia [3-5,8-16].

Recurrence is common (15%) in sPND, while non-
sacrococcygeal PND (including umbilical regions) has a lower r
ate of recurrence 2% [10,20,30]. There have been 12 recorded
recurring occurrences of umbilical PNS. Two cases underwent
an operation, whereas other cases were managed conservatively
[8,9,23]. This shows that the rate of recurrence for conservative
and surgical treatments may not be different significantly, but
some researchers vehemently disagree with this conclusion [11].
To resolve this debate, more research is required. Other diseases
including Sister Joseph nodule, endometriosis, umbilical hernia,
urachal cyst, pyogenic granuloma, and the epidermoid cyst
should not be disregarded as the differential diagnosis when
dealing with umbilical PND. In this situation, preoperative
imaging might be useful [8].

Another term for PND of the hand is Barber's disease [6]. It
affects hair stylists, sheep shearers, dog groomers, and cow
milkers in addition to drivers, who frequently get
sacrococcygeal PNS (6). It is more frequently reported by male
hair stylists [6]. Males are more likely to get Barber's illness,
which may be related to the higher prevalence of feminine
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Figure 1. Study selection PRISMA flow chart.

obsessive personalities over the removal of interdigital webs or
the fact that most barbers are men.

Teenagers and young children, ranging in age from 1 to 20 years,
with an average of 10 years old, are known to have scalp PND.
This distinguishes scalp PND from other PND forms that often
affect elderly persons (average 23 years old). The most frequent
form of therapy, excision under local anesthetic, has never been
associated with recurrences [2,24,25]. According to Borges et
al., a 20-year-old guy with cerebral extension had a scalp PND
that required a craniotomy under general anesthesia. This may
prompt medical professionals to look at scalp PND prior to
intervention to look for an intracranial extension. The initial test
may be a straightforward anteroposterior skull x-ray, followed
by a brain computed tomography [2].

PND occurring near the anal canal is called perineal PNS, it
usually presents with pain and discomfort during straining. It
needs opening, drainage, and leaving for secondary healing as
the area is already contaminated. Perianal PND usually occurs
in older patients (older than 34 years) [30]. Excision is the most
common treatment method under regional anesthesia [1,7,8].
According to Doll et al, a 6l-year-old woman who had

intermittent anal discomfort caused by endoanal PND for ten
years was healed by opening the cavity and allowing for
secondary intention healing [29]. Intermammary PND
commonly presented with discharge and pain. It was managed
by wide local excision and primary repair.

Abscess of the penis could be penile PND, excision with primary
suturing is the management strategy of choice. PND involving
the clitoris presents with discomfort and swelling. Resection and
primary closure are the treatment of choice. Prepuce PND also
needs excision and primary suturing [7,33-35].

5. Conclusion

As predicted, non-sacrococcygeal PND is a rare variant of the
disease. Among them, Umbilical PND is the most prevalent one.
Swelling, discomfort, and discharge are the usual presenting
symptoms. Non-sacrococcygeal PNDs are managed by excision
and primary suturing apart from umbilical PND which is usually
treated by conservative measures.
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Table 1: The frequency and sites of non-sacrococcygeal

PND.

Sites NS0 O Percentage %  Reference

the cases

.- [3,5,11-
Umbilicus 390 87.2 2]
Intermammary
and breast 17 3.8 [23-28]

[7,8,29-
Hand 14 3.1 35]
Inguinal region 10 2.2 [36-45]
Face 7 1.6 [46-53]
Scalp 4 0.9 [2,54-56]
Perianal 3 0.7 [1,57, 58]
Neck 2 0.4 [59,60]
Total 447
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