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ABSTRACT

Chronic anal pain is difficult to diagnose and treat, espe-
cially with no obvious anorectal cause apparent on clini-
cal examination. This review identifies 3 main diagnostic
categories for chronic anal pain: local causes, functional
anorectal pain, and neuropathic pain syndromes. Condi-
tions covered within these categories include proctalgia
fugax, levator ani syndrome, pudendal neuralgia, and coc-
cygodynia. The signs, symptoms, relevant diagnostic tests,
and main treatments for each condition are reviewed.

KEY POINTS

Local causes of chronic anal pain can be identified by
clinical examination based on index of suspicion and with
or without adjunctive diagnostic testing.

Functional anorectal pain syndromes can be subdivided
into 3 diagnoses with management individualized for
each, albeit with a limited evidence base.

Neuropathic pain syndromes are rare but can be posi-
tively diagnosed to allow specific management.

doi:10.3949/ccjm.89a.21102

336

CLEVELAND CLINIC JOURNAL OF MEDICINE ~ VOLUME 89 ¢ NUMBER 6

HRONIC ANAL PAIN IS A RELATIVELY cOm-
Cmon problem affecting up to 11.6% of
the US population.! Although many adults
have self-limiting symptoms that do not lead
to specialist consultation, there is a subgroup
of patients with refractory or severe symptoms
who do visit surgical clinics. Such patients
may see several specialists, such as a colorectal
surgeon, urologist, and gynecologist, and may
undergo numerous diagnostic or even surgical
procedures. It is a sad reality that patients with
chronic anal pain commonly feel resigned to
defeat when being evaluated by a clinician
whose training fails to cover painful anal
conditions beyond fissure, fistula, prolapsed
hemorrhoids, and other conditions caused by
overt disease.

But this need not be so. Clinicians armed
with a relatively basic knowledge of possible
diagnoses and treatments for chronic anal
pain can make a specific diagnosis and initiate
treatment even without a complex evaluation.

Il DIAGNOSTIC APPROACH AND COMMON
PITFALLS

Anal pain can conveniently be grouped into
3 main categories, each with individual diag-
noses, causes, and symptoms, which provide
a starting point for the examination (Table
1).12 The most common category is local ano-
rectal causes and includes a textbook list of
anal conditions that, if persistent, can cause
chronic anal pain. These include anal fissure,
anal and perineal sepsis (eg, inter-sphincteric
fistula or abscess), various ulcerations, and
anal tumor.
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TABLE 1
Main diagnostic categories for chronic anal pain: An overview
Diagnostic Diagnosis or Assumed Main symptoms Examination
category syndrome etiology findings
Local anorectal Fissure, perianal Specific to disorder Common symptoms: Bleeding, discharge, Overt findings
conditions sepsis, tumor, lump, pruritis ani (may require
ulcers, thrombosed EUA)
hemorrohoids, severe
proctitis
Functional Proctalgia fugax Unknown Short-lasting (seconds or minutes) sharp No findings
anorectal deep rectal stabbing or cramping. No
conditions radiation. No anorectal pain between
episodes
Levator ani Pelvic floor muscle Chronic (> 30 minutes) dull rectal ache or Tender
syndrome tension or spasm pressure sensation. Radiation to buttock, puborectalis,
vagina, thigh. Other functional diagnoses replicates pain
common (eg, IBS, FDD, fibromyalgia) (usually left side)
Unspecified Unknown Chronic (> 30 minutes) dull rectal ache No findings
functional or pressure sensation. Other functional
anorectal pain diagnoses very common (eg, IBS, FDD,
fibromyalgia)
Neuropathic pain Coccygodynia Coccyx trauma Perineal pain triggered by sitting Tender on
syndromes leading to peripheral pressure or
sensitisation manipulation of
coccyx
Pudendal Pudendal nerve Unilateral perineal pain with paresthesia. Pain on
neuralgia entrapment: Worse on sitting. Nantes criteria? transvaginal
peripherally generated pressure on
or neuropathic pain ischial spine
Phantom rectum Neuropathic pain Specific to disorder Specific to
syndrome (deafferentation) disorder
Paroxysmal Neuropathic pain Specific to disorder Specific to
extreme pain (genetic) disorder
disorder

EUA = examination under anesthesia; FDD = functional defecation disorder; IBS = irritable bowel syndrome

e Failing to consider less common diagnoses such as
ulcers due to Crohn disease, tuberculosis, human
immunodeficiency virus, syphilitic chancre, herpes,
the vasodilator drug nicorandil (used globally but

Pitfalls to avoid in the diagnosis of chronic anal
pain due to local anorectal conditions include the
following:

e Attributing the anal pain to hemorrhoids (only

thrombosed external hemorrhoids cause significant
pain)

Attributing the pain to a fissure without clear proof
of a chronic fissure on examination (under anesthe-

not approved by the US Food and Drug Admin-
istration), proctitis (including pelvic radiation
disease), tumor, or solitary rectal ulcer.

These pitfalls may lead to a nonselective approach

to diagnosis and to an extensive workup including
endoscopy, anorectal physiologic testing, endoanal

sia, if required), even if this has been “diagnosed”
in the past
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Figure 1. Algorithm for diagnosis and management of chronic anal pain.

ARP = anorectal physiologic testing; MRI = magnetic resonance imaging

ultrasonography, or pelvic magnetic resonance imag-
ing (MRI), with the goal of excluding other diagnoses.
While this broad approach with extensive testing can
allay anxiety in an anxious patient and possibly set a
starting point for treatment, it is costly and may com-
mit the patient to a series of investigations that are
invasive, embarrassing, and not cost-effective.

Thus, a selective approach is generally recom-
mended based on suspicion from the patient’s history
and examination findings of past or present structural
disease.* For example, symptoms of covert perianal
sepsis (discharge or swelling as well as pain) or a past
history of abscess or anal fistula surgery should prompt
MRI even if a fistula is not clinically evident. Simi-
larly, symptoms of obstructed defecation or concomi-
tant fecal incontinence would promote consideration
of anorectal physiologic testing and endoanal ultraso-
nography. Figure 1 shows an algorithm for the diagno-
sis and management of chronic anal pain.?

Chronic perineal pain

This review excludes discussion of chronic perineal
pain, defined as pain felt between the posterior fout-
chette (posterior lip of the introitus) and the anus
and, in males, between the scrotum and the anus.
The diagnosis of perineal pain syndrome requires the
occurrence of persistent or recurrent episodic pain
that is either related to the micturition cycle or asso-
ciated with symptoms suggestive of urinary tract or
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Based on information in reference 3.

sexual dysfunction. Although some conditions that
cause chronic anal pain can also lead to pain in the
perineum, patients meeting the definition of chronic
perineal pain should be managed by appropriate spe-
cialists (gynecology, urology) to examine for urogeni-
tal causes such as episiotomy pain and prostatodynia.

Il FUNCTIONAL ANORECTAL PAIN SYNDROMES

If a careful history and digital and rigid endoscopic
examination of the anorectum exclude local ano-
rectal conditions, the next most common diagnostic
category is functional anorectal pain syndrome.” The
term functional denotes that structural or biochemical
causes are absent on routine evaluation, and it should
not be considered pejorative (eg, symptoms are all
in the patient’s mind). In fact, of the 3 defined syn-
dromes—proctalgia fugax, levator ani syndrome, and
unspecified—the first 2 can be positively diagnosed by
conducting a careful pain history and examination.
The key diagnostic criteria relate to the character and
duration of pain and to findings on examination of the
levator ani muscle (Table 1).'?

Proctalgia fugax

This syndrome was described back in 1962 as a con-
dition that is “harmless, unpleasant, and incurable.”®
Diagnosis is based on a history of sudden-onset pain
in the rectal area lasting for only seconds or minutes
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TABLE 2
Randomized, controlled clinical trials of treatments for chronic anal pain
Author, year Diagnosis Intervention Comparator(s)  Main findings
Eckardt et al 1996'° Proctalgia fugax Inhaled salbutamol Placebo Salbutamol shortened duration of severe pain
N=16 vs placebo (P =.019); effect most marked in
(crossover) patients having prolonged attacks
Abbott et al 2006 Pelvic floor Botulinum toxin A; Placebo: Significant reductions in dyspareunia and
N =60 myofascial pain pelvic floor injection  saline pelvic floor pressure with both botulinum
injection toxin and placebo
Dessie et al 2019 Myofascia Botulinum toxin A; Placebo: No significant clinical effect
N =59 pelvic pain pelvic floor injection  saline
injection
Rao et al 2009' Levator ani syndrome  Botulinum toxin A; Placebo No effect of either botulinum toxin or placebo
N =10 transanal injection
(crossover)
Chiarioni et al 2010'  Levator ani syndrome  Biofeedback EGS; levator 12-month results

N =157

muscle massage

Pain days: 14.7 (baseline)

3.3 (biofeedback) vs 8.9 (EGS) and 13.3
(massage)

Pain intensity: 6.8 (baseline)

1.8 (biofeedback) vs 4.7 (EGS) and 6.0
(massage)

Adequate relief: 87% (biofeedback) vs
45% (EGS) and 22% (massage)

Zoorob et al 2015"
N=29

Levator ani syndrome
levator ani trigger
points

Steroid injections in

Pelvic floor
physiotherapy

Both groups improved equally (60% achieved
50% reduction in symptoms)

a0nly 7 had complete data.
EGS = electrogalvanic stimulation

(mean 15 minutes in 1 study’) then disappearing com-
pletely.”® The pain can occur night or day and vary in
severity from uncomfortable to unbearable.

From a treatment perspective, the problem with
diagnosing proctalgia fugax is that symptoms are gen-
erally too brief or infrequent to treat. Thus, the key is
patient reassurance and explanation, such as describ-
ing the condition as a “cramp in your bottom” that
is harmless and not indicative of any serious bowel
disease. For severe cases, several drugs have been
tested including clonidine, nifedipine, diltiazem,
nitroglycerine, and even (historically) chloroform.%’
However, only inhaled salbutamol (albuterol), a beta-
adrenergic agonist, has been investigated in a random-
ized controlled clinical trial.>!° Antidepressants such
as amitriptyline or antianxiolytics are sometimes used
but have no evidence base as to their efficacy. Table 2
lists the treatments for chronic anal pain investigated
in randomized clinical trials.!*"®
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Levator ani syndrome
Levator ani syndrome—also called pelvic myalgia,
pelvic floor myofascial pain, and pelvic floor muscle
spasm—is chronic anal pain resulting from tension or
spasms in the levator muscles leading to compression
of nerve endings and pain via peripheral sensitization.
Patients often describe a dull ache or pressure sensa-
tion in the rectum that is exacerbated by prolonged
sitting and relieved by standing or lying down.” Some
patients describe the feeling as like sitting on a ball or
having a ball inside their rectum. The pain commonly
lasts for hours but may be continuous, with sudden
exacerbations.!®!7

Levator ani syndrome rarely occurs at night.
Instead, the pain usually begins in the morning and
increases in severity throughout the day. It can radi-
ate into the vagina, the gluteal area, or the thigh.
The pain may be precipitated by apparently unrelated
factors such as long-distance car travel, stress, sexual
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TABLE 3
Treatments for levator ani syndrome
Category Examples Level of Comments
Evidence
Behavior therapy Biofeedback to improve B Most effective treatment for LAS in single RCT'
defecation dynamics
Muscle relaxant Electrogalvanic stimulation B More effective than massage in single RCT'; benefits
decrease in long-term
Muscle relaxant Diazepam C Poorly effective in the long-term; addictive potential
Muscle relaxant Digital massage of puborectalis D No standardized methodology; often provided with sitz
muscle bath
Anticholinergic Botulinum toxin A injection B Ineffective as transvaginal or transanal injection in three
RCTs!-13
Anti-inflammatory Pelvic floor muscle steroid D Equally effective as physiotherapy in pilot RCT'
Injection
Antidepressants Amitriptyline D Unclear mechanism of action; diverse dosage
Neuromodulation Sacral neuromodulation D Conflicting results in small observational studies

LAS = levator ani syndrome; RCT = randomized controlled trial

intercourse, or normal defecation that can potentially
lead to stool-withholding.!®!7” Tenderness (reproduc-
ing pain) on palpation of the levator muscle (usually
the left side, for unknown reasons) is diagnostic.

The overlap of levator ani syndrome with func-
tional defecation disorder>'® brings into play several
well-established risk factors for the latter that may be
determined from the history including anxiety, depres-
sion, and a history of sexual abuse.!""

Treatments. Of the various treatments that have
been studied for levator ani syndrome (Table 3),!-"°
the best evidence is for behavioral training with
biofeedback. In a randomized controlled trial of 157
patients, Chiarioni et al'"* compared behavioral train-
ing against electrogalvanic therapy (ie, transvaginal
or transanal direct neuromuscular stimulation using
low-voltage electric charge from a probe) and mas-
sage. An intent-to-treat analysis showed that 87% of
patients reported adequate relief of rectal pain with
biofeedback vs 45% of patients with electrical stimu-
lation and 22% with massage. The improvement was
maintained at 12 months.'

However, behavioral training with biofeedback
is not universally available, and most patients with
levator ani syndrome are referred for a comprehen-
sive program of pelvic floor physical therapy focused
on pain management. These programs are different
from standard pelvic floor physical therapy for pro-
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lapse or incontinence that focus on muscle training
to strengthen the pelvic floor. Programs for levator ani
syndrome include techniques that focus on myofascial
release, muscle-stretching, and posture improvement.
Most treatment programs are poorly standardized and
may include an adjunct such as electrogalvanic stimu-
lation.?*?! Other attempts at pain management include
the Stanford pelvic pain protocol (the Wise-Anderson
protocol), which includes relaxation therapy and use
of a wand-like device that patients can use to massage
internal pelvic myofascial trigger points. The wand was
approved by the US Food and Drug Administration in
2012 based on results of a 4-year clinical trial.** Local
anesthetic injections also have shown efficacy when
administered as an adjunct by trained clinicians.!>*
Coexisting and overlapping conditions. Patients
with levator ani syndrome commonly have symp-
toms of obstructed defecation, and there is a well-
acknowledged overlap with functional defecation
disorders such as dyssynergic defecation.’ Biofeedback
to improve rectoanal coordination (which includes
pelvic floor relaxation) should be the first-line treat-
ment for dyssynergic defecation.* Other functional
and chronic pain disorders may coexist such as irritable
bowel syndrome and fibromyalgia. Attention should
be paid to holistic management, especially if depres-
sion and anxiety appear to be causing symptoms.
Botulinum toxin. If symptoms persist after biofeed-
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TABLE 4
Nantes criteria for pudendal neuralgia
by pudendal nerve entrapment

Essential criteria

® Pain in the pudendal nerve area from the anus to the penis or clitoris
e Pain is predominantly experienced while sitting

e Pain does not wake the patient at night

e Pain with no objective sensory impairment

e Pain is relieved by diagnostic pudendal nerve block

Complementary diagnostic criteria

Burning, shooting, stabbing pain, numbness

Allodynia or hyperalgesia

Rectal or vaginal foreign body sensation

Worsening of pain during the day

Predominantly unilateral pain

Pain is triggered by defecation

Presence of exquisite tenderness on palpation of the ischial spine
Clinical neurophysiology findings in men or nulliparous women

Exclusion criteria

e Exclusively coccygeal, gluteal, pubic, or hypogastric pain
e Pruritus

e Exclusively paroxysmal pain

* Imaging abnormalities able to account for the pain

Associated signs not excluding the diagnosis

Buttock pain on sitting

Referred sciatic pain

Pain referred to the medial aspect of the thigh
Suprapubic pain

Urinary frequency and/or pain on a full bladder
Pain occurring after ejaculation

Dyspareunia and/or pain after sexual intercourse
Erectile dysfunction

Normal clinical neurophysiology

Reprinted with permission from John Wiley & Sons. From Labat JJ, Riant T,
Robert R, Amarenco G, Lefaucheur JP, Rigaud J. Diagnostic criteria for
pudendal neuralgia by pudendal nerve entrapment (Nantes criteria).
Neurourol Urodyn 2008; 27(4):306-310. doi:10.1002/nau.20505.2

back or pelvic floor physiotherapy, a high dose (total
200 units) of botulinum toxin A (onabotulinumtoxin
A) may be injected into the levator (unilaterally or
bilaterally). Although the supporting evidence is
poor,'-132526 jt is a common practice. It should gener-
ally be considered an adjunct to ongoing physical or
biofeedback therapy.

I NEUROPATHIC PAIN SYNDROMES

Neuropathic pain syndromes in chronic anal pain are
rare compared with local and functional anorectal
syndromes. They include coccygodynia and pudendal
neuralgia, in which the pain in part has a structural
origin, and two overtly neuropathic syndromes, ie,

CLEVELAND CLINIC JOURNAL OF MEDICINE

phantom rectum syndrome and paroxysmal extreme

pain disorder (Table 1).

Coccygodynia
Coccygodynia is pain arising in or around the coccyx
depending on its position.?” The pain is considered to
arise from instability of the coccyx with or without pel-
vic floor spasm.?® There is usually a history of trauma
including childbirth and epidural anesthesia.” Risk
factors include female sex, obesity, anxiety, depression,
and chronic pain elsewhere. Examination will reveal
any instability, and movement of the coccyx should
reproduce the pain. Rectal examination will often
demonstrate coexistent levator ani syndrome.
Dynamic digital radiography of the coccyx will
show coccygeal instability in about 50% of patients
with a clinical diagnosis of coccygodynia.?® Radiologi-
cally, the 2 main patterns of instability are hypermo-
bility (on flexion) and posterior subluxation.
Management involves treatment of levator ani
syndrome, if present, manipulation of the coccyx,
and injection of local anesthetic and steroid into the
affected segment.?® If this fails, an orthopedic referral
for coccygectomy may be relevant in selected patients,
but this should be done in recognition that outcomes
are supported only by retrospective observational data
and complications such as infection are common.?

Pudendal neuralgia

Pudendal neuralgia (or pudendal nerve entrapment
syndrome) occurs when the pudendal nerve is com-
pressed by the obturator fascia as it forms the Alcock
canal.’® Diagnosis is challenging and requires use of
the Nantes criteria, a series of essential, complemen-
tary, and exclusion criteria (Table 4).> Of these, the
essential criteria are most useful as a screening tool.
These can be divided into symptom-based and exami-
nation-based criteria plus the important confirmatory
criterion that pain is relieved by pudendal nerve block.
Although this can be accomplished by any trained
clinician, it is usual practice to refer the patient to a
pain service with neurophysiologic testing expertise so
that the pudendal nerve block can be performed under
electrophysiologic guidance.

The pain of pudendal neuralgia may be unilateral or
bilateral and may radiate to the pelvis and thighs and
cause deep pelvic discomfort.*® A burning sensation
and numbness or paresthesia in the gluteal, perineal,
and genital areas are commonly reported in associa-
tion with the pain. Patients with pudendal neuralgia
often suffer for several years before being diagnosed.

Treatments. Pharmacologic treatments for puden-
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dal neuralgia are primarily tricyclic antidepressants
and antiepileptic agents. Simple analgesics are usu-
ally ineffective. Pudendal nerve infiltration is another
option. It has been shown to have good short-term
effects but lacks efficiency in the long-term.’! Nev-
ertheless, it should always be tried before surgery is
contemplated.

Surgical decompression of the pudendal nerve
has been proven effective for patients in whom other
treatments have failed.” Open, laparoscopic, and
subgluteal endoscopic approaches for pudendal pain
described in the literature include the endoscopic
transgluteal minimally invasive technique.* Pudendal
nerve stimulation using this technique after neurolysis
has also shown some success.*

Phantom rectum syndrome and paroxysmal extreme
pain disorder

Phantom rectum syndrome (postproctectomy pain)
and paroxysmal extreme pain disorder (previously
known as familial rectal pain syndrome) are rare causes
of chronic anal pain.”

Phantom rectum syndrome is a possible diagnosis
when an organic source for pain such as perineal her-
nia or pelvic sepsis is excluded after proctectomy.

Paroxysmal extreme pain disorder is a genetic dis-
order caused by a mutation in the SCN9A gene. The
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I TAKE-HOME MESSAGES

The key to diagnosis of chronic anal pain is to first
exclude specific diseases and then to make a positive
diagnosis, which will guide management. It is impor-
tant to manage patient expectations because outcomes
are variable even with a specific diagnosis. For patients
with intractable pain despite treatment, referral to a
specialist in pain management is recommended. It is
important, however, to first clarify the diagnosis and
exhaust treatments to avoid the uncertainty caused by
parallel or conflicting management strategies. [ |
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